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Rationale for the Alternative Format

This thesis is presented in the Alternative Format, following Lancaster
University’s Manual of Academic Regulations and Procedures (MARP). It consists
of four empirical papers suitable for publication, one of which is a literature
review. The publishable papers are interconnected and follow a logical sequence.
The choice of an Alternative Format for the current thesis was made in agreement
with the candidate’s academic supervisors and the director of PhD studies in the
Division of Health Research. An Alternative Format was considered appropriate
for the mixed methods approach of the thesis and aimed at improving the

dissemination of findings.



Thesis Abstract

Breaking bad news in a medical context, such as the delivery of a diagnosis,
is usually a distressing experience both for the bearer and the receiver. Although
this experience can sometimes take only few minutes, research has shown that
how a diagnosis is communicated can have a long-term impact on individuals’
understanding and management of their condition. Most studies on this topic have
been conducted from the patients’ perspective and in the field of oncology, where
bad news is often associated with a life-threatening disease and intensive
treatments. However, how bad news is broken can be a critical issue for other
conditions that are not curable and for which treatment options are limited, such
as motor neurodegenerative diseases (MNDDs). Although these conditions are
relatively common and can affect individuals’ physical and cognitive functioning,
studies regarding delivering such diagnoses especially from the professionals’

perspectives are limited.

The aim of the present alternative format PhD thesis was to investigate
professionals’ practice and experiences of communicating the diagnosis for four
MNDDs: Parkinson’s disease, motor neurone disease, Huntington’s disease and
multiple sclerosis. For this purpose, a mixed-methods approach was employed,
and a series of interconnected studies was conducted. Initially, a scoping review
of quantitative and qualitative studies of patients’ and doctors’ perspectives on
breaking bad news for MNDDs was completed in order to establish pre-existing

knowledge and research gaps on the topic. A survey study then assessed UK



neurologists’ practice in breaking bad news for these conditions and identified
important aspects of the consultation that required further research. Two
qualitative studies were then conducted. A thematic analysis study was completed
to establish non-medical healthcare professionals’ involvement in breaking bad
news to newly diagnosed patients with MNDDs and an interpretative
phenomenological analysis study aimed at exploring neurologists’ lived

experiences of delivering these diagnoses was then conducted.

Findings from the scoping review indicated that a significant proportion of
patients were dissatisfied with aspects of their diagnosis delivery consultation,
mainly the time dedicated for these appointments, the amount of information that
was provided and doctors’ manner which was often characterised by a lack of
empathy. The review also revealed a research gap on studies on doctors’ views,
especially from a qualitative perspective. The empirical studies of the thesis that
focussed on neurologists’ perspectives showed that, overall, professionals
achieved high standards of practice, especially in terms of acknowledging the
critical importance of the task and providing an appropriate environment for
these consultations. However, professionals’ intention to provide a patient-
centred consultation was often compromised by organisational restrictions such
as a heavy workload and limited time slots. Participants discussed the challenges
of providing tailored information, attempting to minimise patients’ distress and
discuss the uncertainties surrounding the course and prognosis of MNDDs.
Neurologists were also challenged by the emotional impact of delivering these
diagnoses and witnessing patients’ often intense emotional reactions. Being the

bearer of bad news often elicited feelings of guilt, sorrow and powerlessness due



to the incurable nature of MNDDs as well as fears regarding participants’ own
mortality and the unpredictability of life. The thematic analysis study highlighted
non-medical healthcare professionals’ significant involvement in breaking bad
news to newly diagnosed patients with MNDDs. Participants reported having a
significant role in helping patients understand their diagnosis and its impact on
different aspects of their lives but also in providing emotional support and helping
patients regain a sense of control and maintain a positive outlook. The findings of
the thesis suggest that professionals in the UK did not follow any specific
guidelines for breaking bad news, did not receive any formal source of support
despite the emotional burden associated with the task, and had often received
little to no training focussing on breaking bad news for these conditions. The
implications of these findings for clinical practice and organisational change are

discussed and suggestions for future research on the topic are provided.



Chapter One

General Introduction

Breaking Bad News

Communication is a core part of medical practice mainly aimed at the
effective exchange of information and the creation of an interpersonal relationship
which will facilitate an accurate diagnosis and treatment plan (Ong, De Haes et al,,
1995). Effective doctor-patient communication is therefore a critical component
of high-quality healthcare, associated with increased patient satisfaction, self-
management and positive health outcomes (Matusitz & Spear, 2014) and
considered a prerequisite for patient-centred care (Bauman et al, 2003) and
shared decision-making (Charles et al., 1997). However, studies on the topic often
indicate patients’ discontent with their communication with doctors, while the
latter tend to overestimate their communication abilities (Ha & Longnecker,

2010).

A particularly challenging aspect of this type of communication is the
delivery of a serious diagnosis, a process commonly referred to as ‘breaking bad

news’ (BBN). Bad news is usually described as ‘any information likely to alter



drastically a patient’s view of his or her future’ (Buckman, 1984, p.1597). Since such
medical information may also be perceived differently, for example as a relief, the
term ‘significant news’ has also been suggested (Mishelmovich et al., 2016). Apart
from the delivery of a diagnosis, BBN can also refer to the communication of a poor
prognosis or the announcement of the death of a loved one or the transition to
palliative care. For ease of reference, ‘breaking bad news’ will be used in this thesis
to reflect the communication of a serious diagnosis and other, often difficult,
conversations healthcare professionals (HCPs) have with newly diagnosed

patients (e.g., about the impact of a condition on patients’ lives).

In the previous century, based on a paternalistic approach to providing
care, doctors would often conceal the true diagnosis to ‘protect’ the patient from
harm. This was known as the non-disclosure model of BBN which was based on
the assumption that doctors should decide what is best for the patient, patients do
not want to know their diagnosis and they need to be protected from bad news
(Girgis & Sanson-Fisher, 1995). Today, however, ethical and even legal
considerations related to patient autonomy and a patient’s ‘right to know’ have
pushed modern medicine towards a more patient-centred model of care that
respects individuals’ own preferences and decisions regarding their healthcare
(Chin, 2002). In this context, most patients particularly in western countries are
now informed about their diagnosis, especially since they are required to provide
informed consent and make decisions regarding their care (Keating et al., 2005).
Patients who are well-informed about their condition can participate in shared
decision-making by considering different treatment options and associated risks,

expressing their values and preferences, and making joint decisions about their



care plan with HCPs (Elwyn et al., 2012; Kon, 2010). Shared decision making has
been considered an important aspect of BBN (Rat et al., 2018), associated with a
variety of positive patient outcomes (Shay & Lafata, 2015) and is also considered

an ethical imperative, respecting patients’ autonomy (Elwyn et al., 2012).

This shift to more patient-centred communication seems to have stressed
the importance of investigating the process and consequences of BBN. The
majority of research on the topic has been conducted from the patient’s
perspective and within the field of oncology, where bad news is associated with
life-threatening conditions and thus requires careful consideration. Studies of
cancer patients’ communication preferences regarding the delivery of their
diagnosis have indicated that although doctors’ expertise and the content of the
conversation are the most important factors, emotional support and setting-
related factors are also important in influencing the perceived ‘success’ of such a
consultation (Aminiahidashti, et al,, 2016; Brown, et al., 2011; Parker et al., 2001).
Additionally, the perceived quality of the diagnosis delivery has been associated
with enhanced patient satisfaction (Schofield et al., 2013), understanding of the
disease (Kaplowitz et al., 1999), involvement in decision making, and better
psychological adjustment (Roberts et al., 1994) but also, when conducted poorly,
with prolonged patient distress, confusion and poor treatment adherence
(Fallowfield & Jenkins, 2004). These findings are significant in that they should
inform health care professionals’ practice, whose task is even more challenging as
it needs to take into account the differences in communication preferences among
patients and the need to be sensitive to the demographic, psychological and

cultural variables that shape them (Fujimori & Uchitomi, 2009).



Nevertheless, the process of BBN is not only difficult for the receiver but
can be arguably considered one of the most challenging and emotionally draining
tasks faced by health care professionals (Espinosa et al.,, 1996; Zielinska et al,,
2017). However, the volume of research on professionals’ perspectives with
diagnosis delivery is limited and it mostly focuses on in-training doctors and
oncologists’ experiences and practice. A critical literature review of studies using
self-report and psychophysiological measures of stress showed that, during the
communication of bad news, doctors can experience moderate levels of stress,
with stress reactions lasting for hours or even days after the consultation (Studer
et al., 2017). This is particularly important for oncologists who consider this
aspect of their job as a contributing factor to burnout (Armstrong & Holland,
2004). Moreover, a metasynthesis of qualitative studies of oncologists’
experiences in BBN highlighted doctors’ difficulty in finding the balance between
providing adequate information and sustaining patients’ hope for a successful
recovery (Bousquet et al.,, 2015). Doctors also reported other factors that affected
their practice and the quality of the consultations they provided such as time
constraints, lack of private space and their own emotions of anger, guilt,

powerlessness to make a positive difference and personal fear of death.

The recognition of the difficulty and the impact of BBN for both for the
deliverer and the receiver has led to the development of recommendations and
guidelines to aid professionals carry out this challenging task. The SPIKES (Setting
up, Perception, Invitation, Knowledge, Emotions) protocol (Baile et al., 2000) has

been one of the most widely used set of guidelines for disclosing bad news,



especially in cancer care. The protocol approaches BBN in a stepwise manner and
suggests six steps and techniques which include setting up and preparing for the
consultation, assessing patients’ perceptions of their medical situation, obtaining
patients’ invitation for information, providing information while checking
patients’ understanding, addressing and empathically responding to patients’
emotions and, finally, summarising and presenting treatment options to be
discussed with the patient. Although such strategies seem sensible and have
contributed to the development of practice and research on the topic, they have
not been adequately supported by evidence (Fallowfield & Jenkins, 2004; Dean &
Willis, 2016). For example, although some empirical studies have shown that
professionals following specific guidelines for BBN feel more confident about their
practice (Baer etal., 2008; Baile et al., 2000) and experience less stress (Hammond
et al, 1999), there is not enough evidence linking following guidelines - or
receiving training on BBN (Fallowfield & Jenkins, 2004) - with patient outcomes
(Dean & Willis, 2016; Paul et al,, 2009;). Furthermore, a concern regarding the use
of protocols, such as SPIKES, for BBN relates to a possible increased detachment
from the patient due to an overemphasis on the process and the steps involved,
rather than the interaction and the shared human experience between the

professional and the patient (Dean & Willis, 2016).

Besides oncology, research on BBN has also been conducted occasionally
within obstetrics, paediatrics and accident and emergency medicine (Fallowfield
& Jenkins, 2004). Nevertheless, the delivery of bad news can be a critical issue in
other medical specialties as well, such as neurology. Neurological conditions can

be life-limiting, life-altering and/or life-threatening and neurological bad news at



diagnosis can include conversations about disability, chronic conditions,
prognostic uncertainty and even advance care planning and end-of-life care
(Lemmon & Strowd, 2016). However, a large neurological patient experience
survey of more than 10,000 participants in the UK showed that diagnosis
communication was an aspect of their healthcare with which patients were not
always satisfied (The Neurological Alliance, 2019). Patients reported experiencing
severe diagnostic delay as 39% of respondents had to see their general
practitioner (GP) five or more times before being referred to a neurologist and
28% waited more than 12 months to see a neurologist after a referral had been
made. In addition, 23% of respondents reported not receiving an intelligible
explanation of their diagnosis when they were first told they had a neurological
condition and 43% were not provided with written information at diagnosis. The
survey included patients with a variety of neurological diagnoses, from migraine,
functional neurological disorder and epilepsy to neurodegenerative conditions
and brain tumour. However, investigating the communication of bad news for
specific neurological conditions could lead to a more in-depth understanding of

the current practice and challenges surrounding it.

Motor Neurodegenerative Diseases

The current thesis will focus on the four most common motor
neurodegenerative conditions (MNDDs): Parkinson’s disease (PD), multiple
sclerosis (MS), Huntington’s disease (HD) and motor neurone disease (MND).
Neurodegenerative conditions are characterised by a progressive deterioration

and loss of neuronal structures and functions in the nervous system (Burli,



Thomas, Beaumont, 2010) which can affect patients’ physical, cognitive and
psychological functioning (Abdo et al., 2010). Neurodegenerative conditions share
some common features such as a clinical course that is constantly progressive
until death, presenting phenotypic variability, being more common in advancing
age and being mostly incurable with therapies usually yielding slight or temporary
improvements (Lynch et al., 2016). As such, neurodegenerative conditions are
associated with a high burden of illness in terms of their impact on patients’
functioning and quality of life, but also their impact on a family, social and
economic level (Hirtz et al, 2007). Research on healthcare issues in MNDDs
specifically is critical as MNDDs such as PD and MS are quite common and less
common ones such as MND and HD are associated with a poor prognosis (Beart et
al, 2017). Additionally, despite being considered primarily disorders of
movement, their impact on cognitive, psychological and social functioning is
increasingly recognised (Beart et al., 2017; Simpson, McMillan & Reeve, 2013). In
this section, the epidemiological and clinical background of the aforementioned
MNDDs is presented in order to provide context for the subsequent studies of the

thesis.

Parkinson’s Disease

Parkinson’s disease is a progressive neurodegenerative condition named
after James Parkinson who first described it in 1817 (Noyce & Bandopadhyay,
2017). It is the second most common neurodegenerative condition (after
Alzheimer’s disease) and the most common MNDD, affecting 1-2 people per 1000,

with its prevalence rising to 1% in people above the age of 60 (Tysnes & Storstein,



2017). Although less common, PD can also affect younger people, with cases of
young onset PD (occuring before the age of 40 or 50) constituting about 5-10% of
total cases of PD (Golbe, 1991). PD is mainly caused by an increasing loss of
dopaminergic neurons in the substantia nigra pars compacta of the basal ganglia
which eventually leads to disorders of movement such as tremor, bradykinesia,
rigidity and postural instability (Kouli et al., 2018). PD is diagnosed clinically
based on established diagnostic criteria, however the misdiagnosis of PD is not
uncommon, and several follow-up appointments might be needed for an accurate

diagnosis (Marsili et al., 2018).

Despite PD historically being viewed as a movement disorder, the
prevalence and importance of other physical, psychological and cognitive
difficulties have been increasingly recognised (Chauduri et al., 2006; Gallagher et
al,, 2010). These difficulties can include fatigue, olfactory and sleep disturbances,
bladder and bowel problems, speech impairments, problems with memory,
dementia, depression and anxiety (Noyce & Bandopadhyay, 2017). Some of these
can predate diagnosis by several years, can be as disabling as the motor
manifestations of the condition (Goldman & Holden, 2014; Truong et al., 2008)
and their severity is a critical determinant of health-related quality of life (Soh et
al, 2011). Anxiety and depression can be experienced by 25-35% of patients with
PD (Dissanayaka et al., 2010; Reijnders et al., 2008;), and they can have knock-on
effects on, for example, sleep and cognitive performance, anxiety can worsen
tremor, dyskinesia and speech, and depression can contribute to slowness of
movement and apathy (Noyce & Bandopadhyay, 2017). Although these difficulties

may be partially attributed to neurobiological changes due to PD, social and



psychological factors also contribute to their development (Garlovsky et al., 2016;

Simpson et al., 2013).

PD is currently incurable with therapeutic strategies focussing on the
management of symptoms. Motor features of PD can only be observed once 30-
50% of dopaminergic neurons in the substantia nigra have been lost which is
believed to be too advanced for neuroprotective treatments to have an effect
(Sieber et al.,, 2014). The management of PD therefore mainly focusses on the
alleviation of motor symptoms through either dopamine replacement therapy (I-
dopa) or the use of dopamine agonists which directly stimulate dopamine
receptors. However, due to inevitable disease progression, patients can
experience severe physical and often cognitive decline at later stages of the
condition (Noyce & Bandopadhyay, 2017). Symptoms eventually become
increasingly non-responsive to treatment and the long-term use of symptomatic
treatment can contribute to motor fluctuations, dyskinesia, psychosis and impulse
control behaviours (Franke & Storch, 2017; Lizzaraga et al., 2020). At these stages,
options such as deep brain stimulation can be considered, although it is not
appropriate for all patients and only helps with the management of some motor
symptoms (Noyce & Bandopadhyay, 2017). Finally, because of PD’s vast
heterogeneity in terms of its clinical course and the varied symptomatology,
patients can benefit from multidisciplinary patient-centred care which recognises
all aspects of the condition and the usefulness of non-pharmacological
interventions which aim at increasing or maintaining independence and quality of

life (Van der Marck, 2009).



Multiple Sclerosis

Multiple sclerosis is a chronic inflammatory, demyelinating and
neurodegenerative disease of the central nervous system and the most common
MNDD affecting young adults (Filippi et al., 2018). Although there has been some
controversy regarding the neurological nature of MS, it has been suggested that
neurodegeneration is the major cause of irreversible neurological damage (Trapp
& Nave, 2008). MS has a prevalence of 150 to 200 per 100,000 population
(Mackenzie et al., 2014) and is more common in women, who are up to three times
more likely to be diagnosed with MS than men (Orton et al, 2006). Disease
prevalence for MS is on the rise with a total of 2.8 million people estimated to live
with MS worldwide and the mean age of diagnosis is 32 years (Walton et al., 2020).
The pathology of MS is mainly characterised by the accumulation of demyelinating
plaques and axonal loss in both the white and grey matter of the brain and spinal
cord (Filippi et al., 2018). Although the aetiology of MS is still poorly understood,
epidemiology studies suggest that both genetic and environmental factors (e.g.,
smoking status, diet, geographical latitude, vitamin D levels and exposure to the
Epstein-Barr virus) can increase the risk of developing MS (Buzzard et al., 2017;
Olsson et al,, 2017). Because of the often-young onset of MS and the long survival
rates, the burden of MS can be particularly high both in terms of disability and

healthcare costs (Stenager, 2019).

Both the clinical presentation and clinical course of MS are heterogenous

and fairly unpredictable (Filippi et al., 2018; Goldenberg, 2012). MS symptoms can



include motor, visual and somatosensory disturbances, cognitive impairments,
fatigue and psychological difficulties such as depression (Filippi et al., 2018). MS
can present in different phenotypes with different clinical courses, with relapsing-
remitting MS (RRMS) being the most common, affecting 85-90% of patients.
Patients with RRMS experience periods of remission and unpredictable relapses
characterised by neurological dysfunction. Most patients with RRMS will
eventually develop secondary progressive MS which leads to increased difficulties
as the disease progresses. Only a small proportion of patients are diagnosed with
primary progressive MS where the disease progresses from the onset. Although
MRI can be used to confirm a diagnosis, MS is primarily diagnosed using clinical
criteria, for example the occurrence of two or more episodes of central nervous
system dysfunction followed by at least partial recovery is sufficient for the

diagnosis of RRMS (Filippi et al., 2016).

The management of MS is variable and depends on the disease phenotype,
the clinical manifestations of the condition and the patient’s circumstances.
Although MS is still considered incurable, RRMS is treatable thanks to advances in
the effectiveness and availability of a variety of disease-modifying treatments
(DMTs) (Costelloe et al, 2016). DMTs can help prevent relapses and the
development of new lesions and slow or reduce disease progression. The more
effective therapies are, however, associated with considerable risks and the
selection of treatment depends on several variables such as a patient’s
comorbidities and family planning concerns. Relapses can also be acutely
managed with the use of corticosteroids to aid faster recovery (Filippi etal., 2016).

However, there are still no effective treatments for progressive MS, where



alleviating symptoms is the main form of disease management. The symptoms of
MS can be managed with pharmacological therapies, though their clinical efficacy
is not always backed up by strong evidence (Filippi et al., 2016). Poorly managed
difficulties such as psychological problems and fatigue can severely affect patients’
quality of life and contribute to decreased social participation and loss of the
ability to work (Marrie et al,, 2015). Beyond pharmacological treatments, other
approaches which involve a variety of HCPs have shown promising results in
helping patients with the psychological, cognitive and physical difficulties
associated with the condition. Such approaches include cognitive behavioural
therapy (CBT) (British Psychological Society, 2021), fatigue management courses
(Asano & Finlayson, 2014), cognitive rehabilitation (Amato et al, 2013),

physiotherapy (Learmonth et al., 2016) and physical exercise (Motl et al., 2017).

Huntington’s disease

First described by George Huntington in 1872 (Huntington, 1872), HD is a
genetic neurodegenerative condition caused by a mutation of the HTT gene on the
short arm of chromosome 4 (Huntington’s Disease Collaborative Research Group,
1993). Medium spiny neurons of the corpus striatum of the basal ganglia are
particularly affected by this mutation, but HD is increasingly recognised as a
disease of the whole brain and body (Bates et al., 2015). The prevalence of HD
exhibits significant geographical differences, it is, however, estimated that about
10.6-13.7 people per 100,000 in western populations live with HD (Bates et al,,
2015), with UK showing an increased prevalence of 12.3 per 100,000 people

(Evans et al., 2013). Because of its hereditary nature, the often-young onset, its



progressive course and the multi-faceted impact on movement, cognition,
behaviour and affect, HD is considered one of the most debilitating conditions for

both patients and their families (Bates et al., 2015).

The inheritance of HD is autosomal-dominant, meaning that affected
individuals have a 50% probability of passing the mutated gene on to their
children, regardless of the condition of the other parent. HD is also fully penetrant:
the disease will manifest in all individuals who carry the mutation (Mahalingam &
Levy, 2014). Predictive gene testing is available for individuals with a family
history of HD, however the percentage of people at-risk who choose to undertake
the test can be as low as 3% (Tibben, 2007), with the UK presenting a higher
percentage of 15% to 26% (Quarrell & Rosser, 2014). Gene testing allows people
to know whether they carry the expanded gene even decades before the onset of
symptoms, however, the diagnosis of HD for individuals with a family history is
clinical and is conventionally made when chorea (involuntary, irregular and
unpredictable movements) manifests (Burke et al., 2016). The exact disease onset
is, however, often difficult to identify and patients usually experience changes in
their behaviour, mood or cognition that predate the clinical diagnosis (Walker,

2007).

The course and symptomatology of the disease can be variable. The
average age of motor onset is 42 years, but juvenile onset (onset before the age of
20) makes up for 5-15% of HD cases (Burke et al, 2016). Because of the
progressive, neurodegenerative nature of HD, the, sometimes subtle, changes

experienced during the presymptomatic phase of the disease will eventually lead



to the development of severe movement disorders and cognitive and
psychological difficulties. Besides chorea, whose severity can reach a plateau or
even decrease as the disease progresses, patients with HD also experience
impairments of voluntary movements which eventually lead to progressively
severe disruption to their ability to perform daily activities (Bates et al., 2015).
Disorders of voluntary movements include impaired gait, posture and fine motor
skills, dystonia, dysarthria and dysphagia and, as the disease progresses, patients
exhibit rigidity, dyskinesia, akinesia, becoming slower and experiencing
difficulties in initiating movement (Roos, 2010). Cognitive dysfunction in HD is
usually characterised by general cognitive slowness, impaired executive
functions, such as organising, impaired emotion recognition, speech and learning
ability, impulsivity and disinhibition (Dumas et al., 2013; Wright et al,, 2017).
Although not as consistent as the motor and cognitive manifestations of the
disease, psychological difficulties such as depression, apathy, irritability, anxiety
and, less commonly, delusional depression and psychotic symptoms, can present
early in the disease course and can be a source of severe disability (Bates et al,,
2015; Burke etal., 2016). The mean life expectancy is 20 years post diagnosis with
patients typically dying from falls, dysphagia, aspiration pneumonia and inanition

(Walker, 2007).

There are currently no effective DMTs for HD and the management of the
disease is therefore confined to symptomatic treatment. Only one drug has been
approved specifically for HD which targets chorea, but medication commonly used
for other movement and psychological difficulties can help alleviate patients’

symptoms (Bates et al, 2015). Aside from pharmacotherapies, patients may



benefit from a multidisciplinary approach that includes physiotherapists,
occupational therapists, speech and language therapists and dietitians. These
professionals can help patients practically through suggesting home adaptations
and the use of supportive equipment (e.g., communication devices or walking
aids) and can also help patients with managing their symptoms and activities of
daily living (Bilney et al., 2003; Nance, 2012). Although very little research has
addressed the use of psychological interventions to manage psychological
difficulties commonly experienced by HD patients (Zarotti et al, 2020),
international guidelines suggest the use of CBT approaches (Bachoud-Lévi et al,,
2019). As the disease progresses, specialised care facilities, hospice care and
specific programmes developed for the management of late-stage HD may be

required to support patients (Bates et al., 2015).

Motor Neuron Disease

Motor neuron disease, also known as Amyotrophic Lateral Sclerosis (ALS)?
and Lou Gehrig’s disease, is a neurological condition characterised by the
degeneration of motor neurons (Ilieva & Maragakis, 2017). The condition affects
both upper motor neurons (neurons that project from the cerebral cortex to the
brain stem and the spinal cord) and lower motor neurons (that project from the
brain stem or spinal cord to muscles), causing a variety of motor and other
symptoms (Hardiman et al., 2017). Although 10-15% of all MND cases are
classified as familial and are associated with gene mutations, most MND cases are
sporadic with causal factors still remaining unknown (Ilieva & Maragakis, 2017).

The incidence of MND in Europe ranges from 2 to 3 cases per 100,000 individuals

1 Although MND and ALS are used interchangeably in the literature, in the UK, ALS is recognised as the most common form of MND
and is the form of MND we focus on in this thesis.



(Logroscino etal., 2010) and it is estimated that 5000 people in the UK are affected
by MND at any one time (Motor Neurone Disease Association, 2017). Incidence is
higher in men, with a male to female ratio 1.5 to 1.2 and the disease usually affects
people between the ages of 50 and 70. There are currently no diagnostic tests for
sporadic MND which is diagnosed through an often-lengthy process of multiple
medical examinations that can last from 10 to 18 months on average (Andersen et
al,, 2012). As there is currently no cure for MND, life expectancy ranges from 3 to
5 years from symptoms onset, although slower and more rapid rates of

progression are recognised (Ilieva & Maragakis, 2017).

The clinical manifestation of MND can also be significantly variable. Most
patients, around 60% of cases, present with limb-onset, experiencing weakness in
the upper or lower limbs initially, with other functions being affected as the
disease progresses (Hardiman et al., 2017). About one third of patients exhibit
bulbar-onset which is characterised by speech and swallowing difficulties and is
associated with a poorer prognosis (Chio et al.,, 2009) and increased psychological
distress (Goldstein et al., 2006). Respiratory-onset accounts for 5% of cases and is
also associated with a poorer prognosis (Hardiman et al., 2017). The condition
eventually leads to severe deterioration of muscle, loss of movement, impaired
speech and swallowing and respiratory insufficiency. Besides the impact on
physical functioning, MND causes some form of cognitive impairment in 40-50%
of patients (Abrahams, 2013; Niven et al,, 2015), while 10-15% of patients with
MND fulfil the criteria for the diagnosis of frontotemporal dementia (Phukan et al.,
2012) which progressively affects behaviour, personality and language (Seltman

& Matthews, 2012). Moreover, individuals with MND usually have poorer



psychological health compared to the general population (Montel et al., 2012) and
up to 50% of patients might experience depression (Hardiman et al., 2017). The
severity of the physical and cognitive symptoms of the disease can be a source of
psychological and social difficulties for patients, such as identity disruption, loss
of social roles, loss of independence, fear of choking and limited emotional coping

abilities (British Psychological Society, 2021).

There are currently two DMTs for MND; riluzole and edaravone. In the
original trial (Lacomblez et al., 1996), 18 months of riluzole treatment led to 3-
month survival increase compared with placebo, and edaravone has been proven
to slow disease progression. However, edaravone is not currently approved in
Europe and, in other countries, it is only administered to patients with early onset
and rapid disease progression (Hardiman et al., 2017). Given the unavailability of
curative treatments for MND, management mainly focusses on maintaining and
improving quality of life through symptomatic and palliative care. Symptoms are
usually managed with medication used in the management of other diseases, but
non-pharmacological approaches are essential in managing certain aspects of the
condition. Speech therapy, for example, can help delay the progression of
dysarthria and improve communication through the prescription of
communication aids. Additionally, nutrition through a gastrostomy tube might be
needed for patients with severe dysphagia and non-invasive ventilation, which
can be used to treat respiratory failure, has been found to prolong survival and
improve quality of life. Psychological interventions have also shown promising
results in improving patients’ wellbeing, but further research is needed (Zarotti,

et al.,, 2021). Finally, early integration of palliative care and timely transition to



end-of-life care is critical in symptom management, helping patients retain a sense
of control and reducing patient fears and preventing a distressing death (Oliver et

al, 2016).

Research Aim and Objectives

Given the impact of these MNDDs on all aspects of patients’ lives, their
progressive nature and the variability and uncertainty in terms of their clinical
course, BBN for these conditions can be a critical process for patients and a
challenging task for professionals. In addition, since these conditions are currently
incurable, emphasis should be given to the effective management of the disease

and the provision of optimal healthcare.

The aim of this thesis is to develop an understanding of HCPs’ perspectives
on BBN for MNDDs in the UK by investigating their current practice and exploring
their experiences in engaging with this task. The idea/need for thesis emerged
from a study conducted by two members of the supervisory team about the
experience of being diagnosed with PD (Warren, Eccles, Travers & Simpson,
2016). In this study, patients described their negative experiences with diagnosis
delivery, explaining that there was a lack of compassion and sensitivity from the
diagnosing doctor and a sense that doctors did not have sufficient time for the
consultation. A provisional literature search revealed that similar experiences had

been documented by patients with other MNDDs, yet empirical studies on



neurologists, the primary doctors diagnosing these conditions, or other

professionals working with newly diagnosed patients were lacking.

The research objectives specified below will facilitate the process of

achieving the research aim described above.

= Research Objective 1: Establish pre-existing knowledge and identify
potential research gaps on patients’ with MNDDs and doctors’ perspectives
on diagnosis communication.

= Research Objective 2: Investigate neurologists’ current practice, attitudes
and lived experiences of communicating an MNDD diagnosis in the UK.

= Research Objective 3: Explore non-medical professionals’ range of
involvement in breaking bad news to newly diagnosed patients with

MNDDs in the UK.



Chapter Two

Overview of Methods

Philosophical Considerations in Mixed Methods Research

Mixed methods research (MMR) refers to the use of both qualitative and
quantitative methodologies in a study or a series of connected studies usually in
order to answer complex research questions (Creswell & Clark, 2007). Although
research in the fields of psychology and health had been historically dominated by
quantitative approaches, the recognition of the importance of qualitative inquiry
in the past two decades has led to an increased interest in combining quantitative
and qualitative methods (Tariq & Woodman, 2013). Mixed methods research is
now a prominent approach, especially in applied health research in the UK,
following the recommendations of the Medical Research Council (MRC, 2000) and
the National Institute for Health and Care Excellence (Kelly et al.,, 2009) on the

usefulness of combining qualitative and quantitative methodologies.

However, MMR was not always viewed positively by the research

community. A few decades ago, and especially during the 1980s, mixing



qualitative and quantitative methodologies was not considered good practice due
to the perceived incompatibility of the paradigms underlying qualitative and
quantitative research (Alise & Teddlie, 2010; Hall & Preissle, 2015). Research
paradigms have different ontological (the nature of reality), epistemological (the
nature of knowledge) and methodological (how can knowledge be acquired)
assumptions. On the one hand, the ontological assumption in positivism suggests
that an objective reality outside of human perception exists. In terms of
epistemology, positivism supports the idea that reality can be measured
objectively via scientific measures, usually via quantitative, often experimental
methodologies (Bishop, 2015). On the other hand, constructivism, for example,
has often been the underlying paradigm of qualitative research. Constructivism'’s
ontological and epistemological assumptions suggest that there are multiple,
socially constructed and ever changing realities and that knowledge is time and
context dependent, acquired through the interaction of the researcher with study
subjects and the study of meanings attached to phenomena (Krauss, 2005). These
seemingly diametrically opposite philosophical underpinnings of the two
paradigms led researchers to an intellectual debate, the so-called ‘paradigm wars’
(Gage, 1989). The incompatibility thesis was supported by both qualitative and
quantitative purists who were sceptical about mixing methods derived from
different paradigms and thought such attempts were difficult or impossible and

lacked a strong epistemological perspective (Hesse-Biber, 2015).

Drawing from the principles of the philosophy of pragmatism (Maxcy,
2003), advocates and theorists of MMR proposed the ‘compatibility thesis’,

supporting the idea that philosophical debates are only secondary to the



production of useful and impactful knowledge (Freshwater & Fisher, 2015).
Pragmatism focuses on efficiently answering research questions and ‘solving
practical problems in the real world’ (Feilzer, 2010, p. 8), appropriately drawing on
both qualitative and quantitative methods to meet these goals. A pragmatic
approach advocates that both qualitative and quantitative methods are important
and useful, and their combination can gain from their strengths and minimise their
weaknesses (Johnson & Onwuegbuzie, 2004). Pragmatism has been therefore
considered the ‘third paradigm’ and the ‘philosophical partner’ of MMR (Johnson
& Onwuegbuzie, 2004). However, pragmatism has been criticised for its
ontological and epistemological agnosticism. Having no set positions on this
metaphysical dialogue, pragmatists have been accused of undermining the
influence of researchers’ beliefs on the research processes, the research findings
and their interpretation (Maxwell & Mittapalli, 2010). Critics of pragmatism’s
focus on practical implications of research have noted that pragmatism has not
provided an explanatory foundation for its aspiration for the ‘transferability’ of
functional knowledge and that its notion that the truth of knowledge lies in its
practical usefulness provides a shallow and fragile basis for truth (Heeks et al,,
2019). Moreover, pragmatism’s emphasis on formulating contextual and problem-
centred research questions can hinder its ability to identify and explore structural

social and political problems (Thompson, 1996).

Research Design in MMR

The main rationale for the adoption of a mixed methods approach is the

assumption that it can address complex research questions in a more nuanced and



comprehensive way than quantitative or qualitative approaches alone (O’Cathain
et al, 2008). In one of the most widely cited papers on MMR, Greene and
colleagues (1989) identified five purposes for MMR: a) triangulation (testing
corroboration and convergence among data and findings from different methods),
b) complementarity (enhancing the elaboration of findings), c) development (using
findings from one method to develop or inform the design of the other method),
d) initiation (specifically aiming to uncover contradictions and discrepancies
between findings from different methods in order to develop new perspectives)
and, e) expansion (extending the breadth and scope of inquiry, using different
methods to explore different aspects of a research question). Besides the different
purposes of MMR, Greene (2007) has also suggested another four aspects of MMR
design within which different studies can differ. These are: a) timing, the sequence
of studies, b) status, whether different methods are of equal importance or not, c)
development, whether findings from one method inform any others and, d) the
actual measures and methods used. Another critical dimension of MMR design is
how and when the integration of quantitative and qualitative methods and data
will be achieved. Integration is concerned with the relationship between research
methods in achieving the research aims and how qualitative and quantitative data
and findings are combined and mutually utilised to address the research question
(Bazeley, 2017). Integration can happen at different stages of the research
process, for example during the study design process (e.g., establishing that
qualitative data will lead to the construction of a quantitative measure) or during
the interpretation and reporting stage (e.g, combining qualitative and

quantitative data in a narrative) (Fetters, Curry & Creswell, 2013).



Philosophical Stance of the Thesis

A pragmatic mixed methods approach was deemed appropriate for the
current thesis. Pragmatism and MMR have been embraced within health research,
focussing on the impact of research and providing a methodological flexibility
(Frost & Shaw, 2015) which would allow for a more nuanced exploration of a
multi-faceted healthcare communication research topic such as BBN. The need for
this thesis was pragmatic itself as it arose from individuals with MNDDs’ data
indicating dissatisfaction with how they received their diagnosis and the absence
of data on professionals’ perspectives, especially in the UK. It was, therefore, a
pragmatic decision to design this project to enhance our understanding on
professionals’ perspectives on BBN for MNDDs. Personally, I feel that
pragmatism’s practical orientation and its commitment to answering questions
and solving real-world problems kept me focussed on designing studies, collecting
data and interpreting findings in a manner that would yield helpful implications

and conclusions.

However, reflecting on the limitations and criticisms of pragmatism, a
metaphysical position was also deemed essential in defining the thesis’ (and my
own) ontological and epistemological positioning. As a philosophical stance,
critical realism does not only reflect my beliefs about the nature of the world and
the nature of knowledge but can also be combined with pragmatism to develop a
pragmatist-critical realist stance. On an imaginary continuum of research
paradigms with positivism at one end and constructivism on the other end, critical

realism sits somewhere in the middle. Although it retains an ontologically realist



perspective, supporting the idea that there is a ‘real world’ irrespective of human
perception, it argues for an epistemological relativism, acknowledging that there
is also an ‘observable’ world constructed from human perspectives and
experiences (Bhaskar, 2008). Offering a middle ground for researchers, critical
realism’s worldview ‘does not reduce the world to unknowable chaos or a
positivistic universal order, nor does it place objective truth value on the perspectives
of human beings or remove the influence and importance of human perspectives’
(Clark et al., 2008, p. 68). Heeks and his colleagues (2009) have explained the
reasons why an intersection of pragmatism and critical realism would be possible
and appropriate. Firstly, because of pragmatism’s ontological and epistemological
agnosticism, there are no conflicts between the two paradigms’ metaphysical
positionings. Secondly, both paradigms are considered a third paradigm between
positivism and interpretivism, pragmatism in a methodological and critical
realism in an ontological and epistemological sense. Thirdly, responding to
criticisms of pragmatism, contemporary pragmatism theorists (DeForge & Shaw,
2012) have started to explore and support this potential fusion of pragmatism and
critical realism. In particular, pragmatism can benefit from drawing on the
axiology of critical realism which acknowledges that social structures in the ‘real

world’ can produce observable oppression and unequal outcomes.

The adoption of a pragmatist-critical realist philosophical stance for this
thesis would therefore serve the purpose of maintaining a focus on responding to
the ‘real world’ problems and aiming for practical implications, while being
reflective on the influence of subjectivity in the entire research process and

sensitive to the axiology of critical realism and its emphasis on emancipation and



social structural influences (DeForge & Shaw, 2012). Methodologically, this
philosophical stance is compatible with both quantitative and qualitative methods
as it recognises methods as a toolkit to reach functional knowledge but also
promotes methodological eclecticism based on the nature of the research question
and the phenomena under study (Sayer, 2000). A pragmatist-critical realism
stance therefore influenced the selection of mixed methods that explored
professionals’ perspectives on BBN on different levels (their practice, attitudes,
lived experiences), with an emphasis on qualitative methods (thematic analysis
and interpretative phenomenological analysis) that acknowledge the subjective

and active role of the researcher in interpretating qualitative accounts.

Research Design and Methods of the Thesis

The research design of the current thesis is based on Greene’s (1989, 2007)
classifications of MMR designs. Adopting mixed methods in this case mainly serves
the purpose of complementarity, addressing ‘overlapping but also different facets
of a phenomenon, yielding an enriched, elaborated understanding of that
phenomenon’ (Greene, et al., 1989, p. 258). Professionals’ perspectives were
explored through both quantitative and qualitative methods in order to capture
professionals’ reported practice and capture the current state of practice in the UK
(mostly quantitatively) but also their subjective experience of delivering an often-
devastating diagnosis (mostly qualitatively). Mixed methods were also employed
for the purpose of development, as the first two studies (a scoping review and a
quantitative survey on neurologists’ practice and perspectives) were used for the

development of the next two qualitative studies. The first point of integration was



therefore achieved at a study design level. In terms of timing, the design was
explanatory sequential as studies with different methods were conducted in
different time points, with the quantitative study informing the consequent
qualitative study (Kajamaa et al., 2020). Regarding the status of the different
methods, the thesis is predominantly qualitative both in terms of research volume
(two qualitative studies and one quantitative study) and in terms of how the
richness of qualitative data facilitated the process of reaching the research aim.
Although the quantitative survey was important in providing context and
informing the development of one of the qualitative studies through descriptive
statistics, pragmatic limitations in terms of the number of participants did not
allow for advanced statistical analyses to test specific hypotheses and draw
statistically significant findings. Using the typology of MMR designs by Johnson
and Onwuegbuzie (2004), a sequential unequal mixed methods design (quan 2>
QUAL) was employed. Finally, qualitative and quantitative findings were also
integrated at the interpretation stage (Chapter 7, General Discussion) (Fetters et
al., 2013) of the thesis using the technique of ‘weaving’, presenting the findings
from all studies in a narrative, on a theme-by-theme basis (Fetters, Curry &
Creswell, 2013; Othman et al,, 2021). Integration at this level aimed to explore
convergence, complementarity, silence or discrepancies between findings from

different methods.

Theoretical Considerations and Perspectives

The acknowledgement of communication as a core issue in healthcare has
led to an increased volume of research in the field. However, this research has

often been practical and empirically driven, lacking a theoretical basis. Although



this could be partially due to the applied nature of the field, it has been argued that
the use of theories in health communication research can improve the
understanding and application of research’s findings (Cameron et al., 2009). In
addition, the use of theoretical frameworks and concepts has been particularly
recommended for mixed methods studies in order to act as a map to guide
research, explore causal mechanisms, establish clinical significance of results,
increase credibility and, overall, aid the researcher in managing the variety of
concepts and techniques used in mixed methods research (Evans et al, 2011).
Indeed, “a theory is a set of interrelated constructs (concepts), definitions, and
propositions that present a systematic view of phenomena by specifying relations
among variables, with the purpose of explaining and predicting the phenomena”
(Kerlinger, 1986, p. 9). As such, theory can lead to the prediction of future
behaviours, emotions and cognitions and to a better explanation of the underlying
mechanisms of the subject matter (Cameron et al,, 2009). In this section, I will
provide an overview of theories and theoretical concepts that will guide this
thesis, contributing to the design of the proposed studies and the interpretation of

the findings.

Bylund, Peterson and Cameron (2012) argued that being interpersonal
communication by nature, research on health communication would benefit from
the use of interpersonal communication theories. The researchers made a
distinction between individually-centred, interaction-centred and relationship-
centred interpersonal communication theories that could be of use -and have been

used in some cases- in health communication studies. Since this thesis is



empirically studying solely professionals’ perspectives on BBN, individually-

centred theories will mostly be used.

Individually-centred theories are in nature psychological theories
attempting to explain human communication using several constructs that
represent cognitive functions and behaviours involved in communication. Like
most, if not all, social interactions, communication is a goal-oriented, problem-
solving behaviour, therefore it can be argued that the ultimate goal of
communication between healthcare providers and patients is the receipt and
delivery of high-quality care (Hulsman, 2009). The Goals-Plans-Action Theory
(GPA) explains the process of message production intended to influence others as
a 3-step sequence; goals - what people are trying to achieve, the desired outcome,
which then activates plans - mental representations of verbal and non-verbal
strategies to attain the goal and action - the implementation of the plans (Dillard,
2015; Bylund, Peterson & Cameron, 2012). Goals can be either primary or
secondary. Primary goals are essentially the purpose of the interaction, while
secondary goals relate to other considerations that shape or limit the interaction.
which in our case could be the establishment/maintenance of a good relationship
between the health professional and the patient. Goals in a BBN consultation can
be multiple: explaining the nature, causes and symptoms of the condition to the
patient, discussing treatment options, but also maintaining/establishing a
relationship with them, checking their understanding, and attending to their
emotion. However, it is often that primary and secondary communication goals

are relatively incompatible (Dillard, 2015) making the interaction particularly



challenging - e.g., informing a patient about a serious diagnosis and maintaining

their hope.

Based on communication theories and medical communication research,
Hulsman (2015) suggested a goals-based model of determinants that explain
physicians’ communication behaviour in medical consultations. According to this
model, within one consultation, physicians are dealing with multiple goals, which
they identify and assess according to several goals’ properties such as importance,
difficulty and complexity. Physicians have constantly to monitor and shift through
goals, while being sensitive to patient cues - which are often under-detected - and
respond accordingly. Cognitive scripts (plans in the GPA theory) that
professionals develop through experience and education are activated via goal-
detection and guide the formation of effective responses and behaviours.
However, this model acknowledges that communication is not only regulated by
goals, but also by internal and external constraints such as knowledge, skills,

attitudes, patient characteristics, stress and time.

The topic of this thesis is to explore professionals’ perspectives on BBN
news for MNDDs. 'Perspectives’ can be considered a broad or too abstract term so
these theoretical concepts and processes presented above can provide both a
context and several areas of focus which constitute professionals’ perspectives on
BBN. However, limiting our theoretical lenses to just these theories above would
raise the risk of developing a microscopic and reductionist view of the process of
BBN which would not align with our pragmatist-critical realism stance. Instead

throughout the design, data collection, data analysis and interpretation of findings,



a systems theory-informed approach was also adopted. Systems theory suggests
that complex systems (e.g., the healthcare system) consist of not only several
individual parts with distinct properties but also the relationship and
interdependence between these parts. Such systems affect and are affected by
their environments and are dynamic in that they are adaptable and can learn from
experience (Johnson et al., 2018). In contrast with reductionism which intends to
solve problems within systems by ‘fixing the broken part’, systems theory suggests
that problems can be attributed to deficiencies in individual parts but also to
dysfunctional relationships between parts or unhelpful interactions with the
environment (Johnson et al,, 2018). The medical culture is known for looking at
individual responsibility to explain negative outcomes (Jackson & Sambo, 2020)
and this can be reflected in the discourse used in health research which often
implies an accusation of doctors for not being sensitive or patient-centred enough
when communicating with patients. Maintaining a systems theory-informed
thinking throughout the research process helped me abstain from such practices
and develop a genuinely curious attitude towards exploring and understanding
HCPs’ perspectives on BBN. A systems-informed approach also ensured a
sensitivity to the identification of different, often wider, factors surrounding the
actual healthcare-provider communication that could influence both the quality of
this interaction but also the professionals’ practice and experiences of BBN (e.g.,

organisational factors).

Finally, it is important to note that the exploration of professionals’
perspectives and the interpretation of findings were inevitably influenced by the

findings of numerous empirical patient studies (mostly the studies included in the



scoping review conducted as part of this thesis, Anestis et al., 2020) and guidelines
(e.g., Baile et al., 2000), which have provided information on what is important
when BBN. Breaking bad news was also approached as a critical process for the
establishment and maintenance of the professional-patient relationship, which is
considered vital for an accurate diagnosis and an effective treatment plan (Hellin,
2002). Additionally, professionals’ experiences and practice were explored in
relation to recognised dimensions of the patient-centred model of care, such as
respect for patient’s autonomy and needs, patient education and emotional
support to relieve fear and anxiety (Davis et al., 2005). My intention was to explore
how professionals’ practice in BBN to patients with MNDDs reflected such pillars
of patient-centred care and how their perspectives and experiences compared to
and could potentially explain the sub-optimal experiences reported by patient

studies.

Synopsis of Individual Studies and Methods

This section provides an overview of the sequence and methods of the
studies that were conducted in order to achieve the research aim. As this is an
alternative format thesis, each study will be referred to as publishable paper (PP)
followed by a number, indicating the sequence of the studies. The methods used
for each study are only discussed briefly and more details in terms of the rationale
for each method can be found in each individual PP. Figure 1, at the end of this

section, illustrates the sequence and logic of the studies.



In order to build a strong rationale for the empirical studies of the thesis
and detect pre-existing empirical research on professionals’ perspectives on BBN
to patients with MND, PD or MS}, a scoping review of the literature was conducted
(PP1). As the main purpose of the review was to map and summarise empirical
research on this topic, a scoping approach was chosen, which allowed for a
rigorous search strategy but required less specificity than a systematic review, so
studies of different designs could be included (Arksey & O’Malley, 2005; Levac, et
al., 2010). Both patients’ and doctors’ perspectives were included in this review
since our hypothesis from other domains of medicine was that studies on patients’
perspectives would stress the need for improvements in the process of BBN which,
along with the limited number of studies on the doctors’ perspectives, would
stress the importance of further investigation of HCPs’ perspectives, which is the
aim of this thesis. By including both patient and doctor perspectives in this review
we also hoped to achieve an understanding on the neurologist-patient interaction
at such a critical moment, highlight any potential communication mismatch, and
identify areas of improvement and gaps in the literature that the rest of the thesis
would attempt to cover. Indeed, the scoping review revealed a significant research
gap on professionals’ perspectives on BBN, especially from a qualitative
perspective. The review also highlighted several important aspects of the patient
experience such as inadequate information provision, limited consultation times
and lack of empathy by doctors at diagnosis. These findings informed the
development of interview guides for the qualitative studies (PP3 & PP4) which
allowed participants to elaborate on their practice and experiences with these

aspects of the consultation.

1 HD was excluded from the search as no studies on the topic were found.



The scoping review also found no studies on neurologists’ practice in the
UK, so it strengthened the rationale for a quantitative survey (PP2) which aimed
at assessing neurologists’ current practice and perspectives on breaking the
diagnosis of an MNDD. The survey was based on one study (Aoun et al.,, 2016)
about the communication of an MND diagnosis which was included in the scoping
review and was adapted to address the different MNDDs of interest. The survey
highlighted several key aspects of neurologists’ diagnosis communication practice
such as short consultation times, tendency to not convey a sense of optimism to
patients with MND and HD and lack of training. Such findings were used to inform
the design of the consequent qualitative studies where these issues could be
explored in-depth. In addition, quantitative data from PP2 provided a general
context (complementarity) for the interpretation and integration of findings in the

General Discussion chapter of the thesis.

The two qualitative studies were then conducted simultaneously; however,
we refer to the study of non-medical HCPs as PP3 as it was completed first. The
decision to conduct a qualitative study to explore non-medical HCPs’ range of
involvement in BBN was based on three factors. Firstly, while conducting the
scoping review, findings from some studies indicated that patients were satisfied
with the support they received at diagnosis by specialist nurses who had a crucial
role in educating and supporting the patient and their families. Secondly,
becoming increasingly familiar with the scientific literature on BBN, I started
viewing it as a more dynamic and long-term process which involved other HCPs
apart from doctors. Thirdly, staying true to a systems approach, [ believed that the

inclusion of a variety of HCPs who provided care to newly diagnosed patients with



MNDDs would help create a more holistic understanding of the actual process of
BBN for MNDDs. For this study which was mainly exploratory and aimed at
investigating HCPs’ range of involvement, a thematic analysis (TA) approach was
chosen. This approach is in line with our pragmatist-critical realist stance as it
acknowledges researchers’ active role in developing themes from qualitative data

and allows for both inductive and deductive analysis (Braun & Clarke, 2019).

The second qualitative study (PP4) employed an interpretative
phenomenological analysis (IPA) framework as it aimed to explore neurologists’
lived experiences of BBN for MNDDs. The need for PP4 emerged from the
significant research gap on qualitative explorations of neurologists’ experiences
of BBN for MNDDs identified by PP1. Interpretative phenomenological analysis
was the method chosen for this study as it is established for the study of lived
experience in health research (Smith, 2017) and because of its emphasis on how
people make meaning out of their experiences, aiming to draw out the
psychological concomitants of those (Murray & Wilde, 2020). Besides focussing
on how neurologists experience navigating such difficult conversations from a
communication point of view (assessing information preferences, tailoring
information giving, being empathic), this study also focussed on the emotional
experience of being the bearer of bad news for these conditions. The findings
helped develop a more comprehensive understanding of neurologists’
experiences of BBN and were used to attempt an explanation of why patient
studies often report negative experiences with diagnosis communication. Finally,

based on the study’s findings and in line with our systems-informed approach,



organisational changes to support professionals manage the emotional demands

of BBN and offer genuine patient-centred care at diagnosis was emphasised.
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Figure 1: Thesis studies’ sequence and logic flowchart.
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Abstract

Objective: Delivering a life changing diagnosis can be a distressing experience for
patients and a challenging task for professionals. Diagnosis delivery can be
especially difficult for individuals with neurodegenerative diseases such as motor
neurone disease (MND), multiple sclerosis (MS) and Parkinson’s disease (PD).
This review aims to scope the literature on doctors' and patients' perspectives on
diagnosis delivery for these conditions in order to enhance our understanding in
this area and identify potential research gaps.

Methods: A scoping review methodology was used, and data were summarised
using content analysis.

Results: 47 studies fulfilled the inclusion criteria. Studies showed that although
patients were generally satisfied with diagnosis delivery, a considerable
proportion was still dissatisfied with aspects of the consultation, especially the
information and time provided and the doctor’s approach. Only six studies
addressed doctors' perspectives, which focused more on doctors’ practice.
Conclusion: There was a significant research gap in professionals' perspectives.
The review also found that although basic standards of good practice were being
met, a significant proportion of patients were dissatisfied with diagnosis
communication. Practice implications: Professionals delivering such diagnoses
need to assess and respond to patients' information needs, provide time for

questions and maintain an empathic attitude.



Keywords: breaking bad news, diagnosis communication, neurodegenerative
conditions, motor neurone disease, multiple sclerosis, Parkinson’s disease,

scoping review

Introduction

Diagnosis delivery for a significant health condition is a particularly
challenging aspect of doctor-patient communication and most commonly
described as ‘breaking bad news’ (Harman & Arnold, 2017). Bad news is usually
described as ‘any information likely to drastically alter a patient’s view of his or
her future’ (Buckman, 1984, p. 1597). How such news is delivered can have a long-
term impact on the patient’s satisfaction with care (Schofield et al., 2003),
understanding of the disease (Kaplowitz et al., 1999), involvement in decision-
making, psychological adjustment (Roberts et al, 1994), prolonged distress,
confusion and treatment adherence (Fallowfield & Jenkins, 2004). At the same
time, delivering a serious diagnosis can also be an emotionally challenging task for
healthcare professionals. This aspect of their clinical work can induce moderate
but lasting stress reactions (Studer et al., 2017) and emotions of anger and guilt,
and distressing thoughts around their powerlessness to make a positive difference

and their own personal fear of death (Bousquet et al., 2015).

Studies in this area have been conducted predominantly within fields such
as oncology, obstetrics and emergency medicine (Fallowfield & Jenkins, 2004),

however bad news delivery can be a critical issue in other medical specialties such



as neurology. Progressive neurological conditions such as Parkinson’s disease
(PD), multiple sclerosis (MS) and motor neurone disease (MND are incurable and
result in a gradual decline in physical and cognitive functioning, restricting
individuals’ daily activities and affecting their quality of life and psychological
functioning (Batista & Pereira, 2016). Before receiving their diagnosis, patients
often experience a stressful pre-diagnostic period (Mitchell et al., 2010), are often
misdiagnosed and may experience significant diagnostic delay (Adamec et al,,
2013; Aires et al,, 2019; Kelly et al., 2011). Reaching a diagnosis for such motor
neurodegenerative diseases (MNDDs) can be a demanding task for health
professionals due to the similarities in and overlap between symptoms of different
conditions (Abdo et al., 2010; Galvin et al., 2017) and the need for specialised
testing. Communicating the diagnosis can also be challenging for doctors since
such ‘bad news’ might elicit reactions of different types of distress from the

patients (Storstein, 2011).

Given the progressive, often life-threatening nature of these conditions and
the likely stressful pre-diagnostic experience, receiving the diagnosis will be a
critical time for patients. A PD patient survey reported that ‘satisfaction with the
explanation of the condition at diagnosis’ had a significant effect on future quality
of life (Global Parkinson’s Disease Survey Steering Committee, 2002). This review
will focus on three neurological conditions which all include forms of
neurodegeneration (i). Neurologists commonly deliver these diagnoses which
primarily affect movement and have a high ‘burden of illness’ i.e. impact on both
human and economic dimensions (Hirtz et al., 2007). A scoping review was

undertaken to identify and summarise existing empirical studies which addressed



doctors’ current practice and perspectives on breaking bad news, and patients’
experiences and perspectives on the process of diagnosis delivery. Other reviews
in this area have not focused solely on receiving the diagnosis but more on the
experience of services (Foley etal., 2012a; Foley et al., 2012b, Methley et al., 2015)
or doctor-patient interactions in general (Soundy et al,, 2016) and have excluded
studies on professionals’ perspectives. Including both patient and doctor
perspectives will achieve a better understanding on the neurologist-patient
interaction at this critical timepoint and will help identify areas of

miscommunication, and gaps in the literature.

Method

A scoping review was adopted to incorporate patients’ and doctors’
perspectives that have been reported in qualitative and quantitative studies.
Scoping reviews focus on mapping and summarising key concepts from a range of
research activities and identifying potential gaps in a broad research topic (Arksey
& O’Malley, 2005). They offer similar rigour to reviews using a systematic review
methodology, and aim to understand complex topics and not simply summarise
the best available evidence. Heterogeneous designs can be included and quality
assessments are not usually conducted (Levac et al., 2010). This review followed
the 6-step framework developed by Arksey and O’Malley (2005) and further
recommendations by Levac and colleagues (2010). Five of six steps were
completed, while the sixth optional step, consultation, was omitted. These steps

are briefly outlined below:



i.  Identifying the research question

The research question was: What are patients’ and doctors’ perspectives
on the delivery of the diagnosis for MND, MS and PD? The term ‘perspectives’ was
intentionally broad in order to capture both a priori themes such as patient
satisfaction and doctors’ practice and to identify and map other key concepts
addressed by the literature.

ii. Identifying relevant studies

PubMed, CINAHL, PsycINFO and Scopus were accessed, using subject terms
where available. The search strategies were developed with the help of a subject
specialist librarian (see Table 1). The citation lists of all the included papers were
hand searched for additional studies, Google Scholar’s ‘cited by’ service was also
accessed.

iii.  Study selection

Table 2 summarises inclusion and exclusion criteria. Empirical studies of
any design were included in the review if they were published in a peer-reviewed
journal and addressed patients’ or doctors’ perspectives on the delivery of
diagnosis for MNDDs focusing on the consultation when the diagnosis was
delivered. As a first step, titles were screened and all irrelevant papers were
excluded. Then abstracts were screened, irrelevant studies were excluded,
relevant studies were included and potentially relevant studies were read in full.
The main reasons for excluding articles included: no data on diagnosis delivery, a
focus on the pre-diagnosis journey, and only addressing patients' emotional
reactions to diagnosis. The first author screened all retrieved citations and

consulted the rest of the research team to resolve any ambiguity. Additionally, a



random 10% of all retrieved citations were reviewed by another author (MF) and
any discrepancies were resolved. Figure 1 at the end of this chapter features a
PRISMA diagram which illustrates the study selection process.
iv.  Charting the data
Study information and results which addressed the research question
were extracted (see Table 4).
v.  Collating, summarising and reporting the results
Except for a few cases of basic numerical analysis of percentages, data
answering our research question were analysed qualitatively through a
conventional content analysis approach (Hsieh & Shannon, 2005). The content
codes were organised into meaningful categories which summarised available
evidence. Results regarding patients’ perspectives were analysed and reported
independently for each neurological condition, and doctors’ perspectives were

analysed together due to the limited number of relevant studies.

Results

Overview of studies included in the scoping review

In total, 47 studies were included in the review. Table 3 summarises basic
study characteristics and Table 4 presents characteristics for every study included
in the review. The majority of studies (n = 22) focused on MS; studies on doctors’
perspectives were severely underrepresented in the literature with only six
studies included in this review. Qualitative and quantitative methodologies were

equally represented in the patient studies and all study designs were



retrospective. Studies represented a range of countries, mainly from a western
perspective, however the similarity of themes across studies indicated that

patients’ experience of receiving a diagnosis shared common features.

Receiving the diagnosis of MND

Satisfaction with diagnosis delivery

In general, patients with MND were satisfied with the way neurologists
delivered the diagnosis, but this was not always the case. Patients in an Italian
survey gave high ratings of satisfaction with bad news communication and felt
that the doctors were encouraging and understood their feelings during the
diagnosis (Chio et al., 2008). Other quantitative studies (Abdulla et al., 2014; Aoun
et al,, 2016a) reported mixed results; although the majority of patients were
satisfied with how the diagnosis was delivered, 32%-35% of patients felt
dissatisfied. In particular, patients were mostly satisfied with the privacy provided
and the absence of interruptions during the consultation, with only a few
exceptions reported. Satisfaction was also positively associated with patients’
perceived ability of their neurologist, although it is unclear whether the term
ability specifically referred to their communication skills or their general medical
competence (Aoun et al., 2016a). However, 36%-56% of patients rated their
doctor’s ability as average or below average (Aoun et al.,, 2016a; McCluskey et al.,
2004). Similarly, qualitative studies also revealed mixed results with patients
sharing both positive and negative experiences (Aoun et al., 2018a; O’Brien et al,,
2011) although a study of a single centre which was following international

guidelines for MND care received only positive feedback (Hugel et al., 2006).



Information provision

Given the rarity and life-threatening nature of MND, patients often
required detailed information about their diagnosis. Patients wanted to know
about current research on MND, disease-modifying therapies, their prognosis
(Chio etal., 2008), their entitlements to services (Hugel et al., 2006), the treatment
plan and information sources (Aoun et al., 2016a; O’Brien et al., 2011). However,
it was sometimes felt that the doctor shared insufficient information about these
topics (McCluskey et al., 2004; O’Brien et al., 2011). Patients also reported their
dissatisfaction with doctors, indicating that the information given was not always
adequate and that the doctors did not always check they had clearly understood
the information (Pavey et al., 2013) or provide the opportunity for questions
(Johnston et al.,, 1996). This elicited a ‘feeling of abandonment’ with patients
feeling responsible for seeking information about their condition themselves.
However, some patients felt that there was limited potential for further
information due to the poor prognosis (Seeber et al., 2016) and a qualitative study
highlighted that patients’ receptivity to information differed dramatically

(Callagher et al., 2009).

Consultation duration

Survey studies reported a mean consultation of approximately half an hour
(Aoun et al., 2016a; McCluskey et al., 2004). Patients who had received longer
consultations were more satisfied and considered their doctor more skilled (Aoun
etal.,, 2016a). On the contrary, doctors who were judged to possess poor skills only

spent an average of 13.4 min on the consultation (McCluskey et al., 2004). Patients



were often frustrated with a very short consultation as they did not have the
opportunity for discussion (Aoun et al., 2018a). At the same time, they knew the
clinicians were in high demand and it could take months for the next appointment
(Pavey etal., 2013). Receiving such a complex diagnosis required time for them to
digest the information provided, express their feelings and ask questions. The
evaluation of a fast-track diagnostic service based on principles of good practice
in breaking bad news showed positive patient satisfaction regarding the
communication of the diagnosis and the time taken (Callagher et al., 2009).
Similarly, a qualitative study which assessed patients’ perspectives on diagnosis
delivery in a 2-tiered approach reported positive outcomes. Patients viewed the
second appointment - which they received only 10-14 days after the first - as an
opportunity to prepare questions, clear misunderstandings and make informed

decisions regarding their treatment (Seeber et al., 2016).

Doctors’ empathy

Qualitative studies and qualitative comments in quantitative studies
sometimes highlighted the need for doctors to show more empathy. Patients often
felt that their doctors did not approach such a serious diagnosis in a caring and
sensitive way and were described as ‘detached’, ‘very clinical’ and ‘insensitive’
(Aoun etal.,, 2018a; Hogden & Cook, 2017). Similarly, Pavey et al. (2013) described
that patients considered that doctors were unwilling to be personally involved and
offer emotional support; a participant in the Hughes et al. (2005) study also
reported feeling ‘dehumanised’. However, most studies that addressed the issue
reported mixed experiences (Aoun et al., 2018a; Hughes et al., 2005; Johnston et

al, 1996; O’Brien et al., 2011; Remm et al., 2019) or even exclusively positive



experiences (Callagher et al., 2009). Patients valued being listened to when they
expressed their anxieties and fears regarding the future (Seeber et al,, 2016) and
those who were satisfied with their doctor’s approach (Aoun et al, 2018a)
described them as a ‘fantastic, caring person’ and ‘kind and empathetic’.
Interestingly, the older study reported that patients often found a straightforward

and even blunt disclosure style acceptable (Beisecker et al., 1988).

Receiving the diagnosis of MS

Satisfaction with diagnosis delivery

Regarding general satisfaction with the way doctors broke the bad news
for a MS diagnosis, studies presented mixed results. A quantitative survey showed
that 67% of patients were completely and 24% were partially satisfied with the
diagnosis delivery, 64% thought the medical staff were kind, 30% thought they
were attentive and only 6% thought they were unfriendly or hasty (Lorefice et al,,
2013). It is noteworthy though, that this survey was conducted in a single MS
centre. Additionally, two studies from Norway which used the same questionnaire
found that there was definitely room for improvement as only 33%-55% of
patients were satisfied with the circumstances in which their diagnosis was
communicated (Gottberg et al.,, 2008; Ytterberg et al., 2008). Qualitative studies,
on the other hand, indicated that although some positive experiences were
reported by patients, these were the exceptions (Johnson, 2003; Malcomson et al.,

2008).



Information provision

Beyond sharing their preference to be told their diagnosis in an honest and
clear way, patients in most studies also shared their views on the amount and
nature of the information they received during the diagnostic consultation. A
survey showed that although 90% of MS diagnoses were given by neurologists,
only 50% of patients considered them their major support regarding the meaning
of the diagnosis (Heesen et al., 2003). In general, data from both quantitative and
qualitative studies showed that patients felt they were not provided with
adequate information about their condition (Edwards et al., 2008; Heesen et al,,
2003; Hepworth & Harrison, 2004; Johnson, 2003; Malcomson et al., 2008;
Pretorius & Joubert, 2014; Solari et al., 2007; Thorne et al., 2004; Thornton & Lea,
1992; Yazdannik et al.,, 2015) or they had to push to receive the information they
wanted (Pretorius & Joubert, 2014).

At the time of diagnosis patients seemed to need general information about
MS, information on treatment options and managing their symptoms (Heesen et
al., 2003; Thorne et al., 2004; Thornton & Lea, 1992), information on counselling
services (Hepworth & Harrison, 2004; Wollin et al., 2000) and lifestyle changes
Malcomson et al., 2008; Pretorius & Joubert, 2014). A survey (Heesen et al., 2003)
showed that 52% of patients were not informed about MS therapies when the
diagnosis was made, however in a more recent study (Lorefice et al., 2013), 79%
of patients considered their doctor’s information on treatment choices to be
exhaustive. Patients preferred information to be communicated in a simple and
direct way (Solari et al., 2007; Thorne et al., 2004), without the use of medical
jargon (Solari et al., 2007) and reference to worst case scenarios (Thorne et al,,

2004). However, a few studies made it clear that the type of information provided



at diagnosis should be tailored to the individual (Solari et al., 2007) and some
patients might not want any additional information at that point when the
diagnosis itself is ‘enough to handle’ (Thornton & Lea, 1992). In addition, patients
often felt that accessing reliable information sources was not facilitated by
healthcare professionals (Johnson, 2003) who sometimes failed to signpost
patients to organisations or specialised MS centres which could have been useful
(Edwards et al.,, 2008; Lode et al., 2007; Malcomson et al., 2008).

Patients explained that effective information provision at the time of the
diagnosis would help mitigate the fear elicited by the diagnosis (Malcomson et al.,
2008; Thorne et al., 2004). Moreover, in a study in which 43.2% of patients were
dissatisfied or very dissatisfied with the information they received at diagnosis,
satisfaction with information was associated with more adaptive coping with the
condition (Lode et al.,, 2007). Nonetheless, some patients expressed the view that
even though the doctor might have provided them with information about their
diagnosis, their state of shock might have not allowed them to assimilate it

(Barker-Collo & Cartwright, 2006; Edwards et al., 2008).

Consultation duration

Time dedicated to the consultation was an important variable which
shaped patients’ experiences of diagnosis delivery. A survey showed that 50% of
patients thought that time taken by the doctor to deliver the diagnosis was too
short (Edwards et al., 2008) and patients in qualitative studies (Ceuninck van
Capelle et al., 2006; Pretorius & Joubert, 2014; Solari et al., 2007) also reported
that their appointment felt ‘rushed’. Doctors were perceived to be in a hurry to see

the next patient, with not enough time to ask questions and receive answers.



Doctors’ empathy

Patients in several studies reported that sometimes their doctors did not
show any empathy, did not provide emotional support and delivered the diagnosis
in a casual and overly medical way (Barker-Collo & Cartwright, 2006; Ceuninck
van Capelle et al, 2006; Edwards et al, 2008; Hepworth & Harrison, 2004;
Malcomson et al., 2008; Pretorius & Joubert, 2014). In a UK study with focus
groups, out of 103 patients with MS, only 8 reported being happy with the
communication of their diagnosis (Hepworth & Harrison, 2004). Some qualitative
studies captured some extreme scenarios, for example, patients who were told
their diagnosis over the telephone (Edwards et al., 2008; Isaksson & Ahlstrém,
2006), on Christmas Eve (Edwards et al., 2008) or via mail (Solari et al., 2007).
Neurologists were sometimes viewed as ‘diagnosers’ with little or no interest in
the patients (Dennison et al., 2016; Johnson, 2003), unable to understand fully the
patients’ perspective (Malcomson et al, 2008). Patients who had negative
experiences reported anger, disappointment and bitterness towards the medical
profession (Dennison et al, 2016; Edwards et al, 2008). Furthermore, a
quantitative study associated discussion of patients’ emotional well-being with
the professional at the time of diagnosis with positive post-diagnostic outcomes
(White et al, 2007). In this study, 44% of patients reported having such a
discussion with their doctor which was associated with significantly higher levels

of acceptance of their condition as well as other benefits.



Receiving the diagnosis of PD

Satisfaction with diagnosis delivery

Data on overall satisfaction with the delivery of PD diagnosis indicated that
there was room for improvement with 49% of patients being satisfied with their
consultation, 29% being neutral and 22% being dissatisfied (Schrag et al., 2018).
A more negative image was drawn in another study where 52.5% of patients rated
their experience with the diagnosis delivery as good or very good and 45.3% as
poor or very poor (Bloem & Stocchi, 2012). However, this difference can
potentially be explained by differences in culture and healthcare systems since,
although both were European surveys, the second study gathered data from 35

countries whereas the first one did so from 11.

Information provision

In Bloem’s and Stocchi’s (2012) European survey, 62.2% of patients
reported having received general information about their condition and although
less than 1% reported not having received any information, only 22.1% said they
received detailed information. Around 14% received information about
medication at diagnosis and less than 2.8% received information regarding PD
support organisations. In the same study, the information provided at diagnosis
was considered helpful or very helpful by 64% of respondents, with a more recent
European survey reporting the same percentage (64%) (Schrag et al., 2018). In
this survey, although respondents reported having received general information
about the causes, symptoms and medication, nearly half stated they had not

received any information on non-drug treatments at diagnosis. Qualitative studies



often reported patients’ negative experiences with information provision at
diagnosis. Patients often felt that they left the consulting room with very little
information about their condition (Habermann, 1996; Macht et al,, 2003; Peek,
2017). There were instances when patients’ questions were not answered in a
satisfactory manner (Macht et al, 2003) or patients reported receiving no
information at all from their doctors but were encouraged to buy a book about PD

or search information on the internet instead (Peek, 2017).

Consultation duration

Inadequate information provision could be associated with limited
consultation duration since only 38% of patients in the most recent European
patient survey reported being given enough time to ask questions, while 17%
would have liked more than the time they were given and 12% were not given any
time at all (Schrag et al., 2018). Other studies also reported short consultation
times (even 5-10 minutes in extreme cases, Macht et al., 2003) which did not allow
time for a detailed explanation of the diagnosis (Habermann, 1996; Peek, 2017;
Warren et al.,, 2016). On the other hand, some patients were satisfied with the
information they were provided (Macht et al., 2003) and it should be noted that
being given too much information was also at times considered problematic (Shaw

& Vivekananda-Schmidt, 2017).

Doctors’ empathy
European surveys presented mixed patient experiences regarding the
doctor’s approach to delivering the diagnosis. Bloem and Stocchi (2012) used a

10-point Likert scale to measure clinicians’ attitude, ranging from abrupt to kind,



in which 58.9% of patients gave positive scores (6-10) and 36.4% gave negative
scores (1-5) with 16.9% choosing the best possible and 11.3% the worst possible
score. Percentages differed in a more recent survey where 50% of patients
reported that their PD diagnosis was communicated quite or very sensitively and
50% felt it was given not very or not at all sensitively (Schrag et al., 2018).
Qualitative studies were consistent with these findings and provided vivid
accounts of patients who felt that receiving the diagnosis was an important
moment for them which was not always handled appropriately by the doctors. The
diagnosis was often communicated abruptly, in a casual way, without any
sensitivity or compassion (Shaw & Vivekananda-Schmidt, 2017; Peek, 2017;
Warren et al., 2016). Patients often shared similar stories in which their diagnosis
was handled ‘routinely’ in a ‘business-like’ way, in an appointment so ‘swift’ that
they did not have space to consider their reaction (Peek, 2017). On the contrary,
an account from a patient who had a positive experience with her doctor indicated
that patients value doctors who show an understanding of the emotional impact
of the diagnosis, adopt a positive attitude and provide reassurance that their
condition can be managed with professional help. Indeed, a more sensitive
delivery of the diagnosis was associated with higher patient satisfaction, having a
stronger relationship with satisfaction than the helpfulness of the information

provided, and the time provided to ask questions (Schrag et al., 2018).

Doctors’ perspectives on communicating the diagnosis for MNDDs

Studies on doctors’ perspectives on communicating a diagnosis for MNDDs

were limited and reported little data on the actual consultation. Instead, these



studies focused on other issues such as when the diagnosis should be disclosed.
Data relevant to our review question were mostly associated with neurologists’
practice.

For the case of MS, doctors often (Heesen et al., 2003; Papathanasopoulos
et al, 2008) (28%-58.3%) avoided using the term ‘multiple sclerosis’ when
communicating the diagnosis or did so only at the end of the consultation or in
subsequent visits (57%) (Martinelli et al., 2012). Instead, other terms such as
‘demyelination’ or ‘nervous system infection’ were used (Papathanasopoulos et
al., 2008), possibly because they were considered less ‘negatively charged’ and
less associated with the stigma associated with the term MS. Overall, neurologists
in these surveys seemed to be sensitive to the emotional impact of the diagnostic
process and reported being willing to support patients through information
provision. The vast majority reported delivering the diagnosis of MS in a private
setting (Papathanasopoulos et al., 2008), involving patients’ relatives (Martinelli
et al., 2012; Papathanasopoulos et al., 2008) and approximately 50% took more
than half an hour (and sometimes more than an hour) for the consultation (Heesen
et al.,, 2003; Martinelli et al., 2012). Most neurologists felt emotionally involved in
the relationship with the patient (64%) and used the shared decision-making
model (87%). They aimed to initiate bidirectional communication, answered
patients’ questions (61%) and tried to ‘offer comfort and support suggesting a
disease-modifying therapy’ (Martinelli et al.,, 2012). Around 77% believed the way
they communicated the diagnosis assisted the patient in understanding the
meaning of the diagnosis (Papathanasopoulos et al., 2008) and although 79%
considered their communication practice as competent, only 14% believed they

had managed all patient needs and expectations (Martinelli et al., 2012).



Apart from a survey assessing MND care in Italy, which found that the time
taken to explain the diagnosis was around 30 min (Chio et al., 2001), the only
survey focusing solely on the communication of MND diagnosis was conducted in
Australia and assessed neurologists’ current practice and experiences of breaking
bad news (Aoun et al,, 2016b). Most neurologists (68%) used two consultations to
deliver the diagnosis with the mean duration of each consultation being 23 min.
The duration was double (45 min) for neurologists who practised in
multidisciplinary MND clinics. Almost all (98%) of neurologists reported having a
patient’s relative involved in the consultation, 73% referred to an MND
association and 78% gave the diagnosis in a private space but only 41% were
always able to avoid interruptions. Regarding the content of the consultation, the
degree of certainty, how the diagnosis was reached and the course of the disease
were the most discussed aspects, while being honest without taking away hope,
dealing with a patient’s emotions and spending enough time were the most
challenging aspects. About 70% of neurologists reported that delivering the
diagnosis was a ‘very to somewhat difficult’ task and believed that difficulties were
due to the lack of effective treatment for MND, the fear of causing distress or not
having all the answers. Moreover, communicating the diagnosis induced ‘high to
moderate’ stress and anxiety for 65% of neurologists.

Finally, Pinder’s study conducted in in the UK (Pinder, 1992) explored
general practitioners’ (GPs’) perspectives on the diagnosis of PD. This qualitative
study focused on professionals’ experience of reaching the diagnosis and the
beliefs that informed their practice. Diagnosing was often a ‘eureka moment’, a
moment of theoretical ‘coherence’ that gave satisfaction to the doctors. The

diagnosis was viewed positively since it did not only validate their role as



‘diagnosticians’ but also enabled them to initiate treatment, help patients manage
their condition and prove their symptoms credible. A PD diagnosis was not viewed
as so ‘emotionally loaded’ by GPs especially when it was diagnosed in older people
and it was often compared with other ‘more serious’ conditions. Doctors tried to
incorporate these views into the communication of the diagnosis to help patients
come to terms with the disease. In addition, several doctors were more empathetic
and tried to deliver the diagnosis in a way which showed consideration for how

PD might affect patients’ relationship with their bodies and their daily lives.

Discussion and conclusion

Discussion

Although the topic of breaking bad news has been studied more extensively
within other fields of medicine (Fallowfield & Jenkins, 2004), a considerable
number of studies were identified that addressed this issue for MNDDs. This
scoping review revealed a significant research gap in doctors’ perspectives of
delivering a MNDD diagnosis. Moreover, the small number of doctor-studies
included in this review made it difficult to compare and contrast patients’ and
professionals’ views on the delivery of the diagnosis of an MNDD. Overall, patients
across conditions were fairly satisfied with the way they were told their diagnosis
and more recent papers drew a more positive image than older ones, potentially
due to the growing emphasis on the importance of communication in healthcare
and the patient-centred care ‘movement’ (Cameron et al, 2009; De Haes &

Bensing, 2009). Most doctors also reported relatively high standards of practice



in delivering this task. However, survey studies reported considerable
percentages of patients who were dissatisfied with the process and, with the
qualitative studies, illustrated several aspects of the diagnosis delivery

consultation which could be improved.

Effective information provision and patient education are considered two
of the pillars of patient-centred care, a model of care considered appropriate for
individuals with chronic conditions and complex health care needs such as MND
(Hogden & Crook, 2017), MS (Charlsesworth & McManus, 2017) and PD (van der
Eijk et al., 2013). However, patients in the studies included in this review often
expressed their dissatisfaction with both the amount and nature of information
they received (or did not receive) during the delivery of their diagnosis. Studies
with newly diagnosed cancer patients have shown that information provision can
lead to several positive outcomes such as gaining a sense of control, reducing
anxiety, promoting compliance, realistic expectations, self-care and feelings of
safety (Mills & Sullivan, 1999). Increasing patients’ knowledge of their condition
can tackle stereotypical disease representations that do not apply for all cases
(e.g., equating having MS with being wheelchair-bound and dependent). Providing
adequate and timely information at diagnosis is also vital for shared-decision
making, especially for conditions such as multiple sclerosis when longterm
treatment decisions have to be taken early on (Colligan et al., 2017; Heesen et al,,
2011). Additionally, some patients reported that their doctor did not signpost
them to relevant organisations or reliable information sources which raised
feelings of abandonment. This was a missed opportunity to connect with

community-based organisations which have been shown to generate a feeling of



relief while offering a holistic approach to supporting patients and their carers
(Aoun et al, 2018b). Being left alone to seek information for their condition
themselves, patients often turned to the internet, where information sources
varied in reliability and could be misleading, especially regarding treatment

options (Hallingbye & Serafini, 2011; Kothari et al,, 2015).

On the other hand, studies on neurologists’ practice illustrated a
willingness to support patients via information provision. Although, as stated
above, the limited volume of data on doctors’ perspectives does not allow for
robust comparisons, this discrepancy between patients’ experiences and doctors’
reported practice could be attributed to doctors’ often not assessing accurately
patients’ information needs (Colligan et al, 2017). The preferred amount of
information differed significantly among patients, but in general it seemed that
doctors tended to underestimate patients’ information needs (Clayton et al,,

2007).

Whether health care professionals showed compassion while delivering
the diagnosis was another major topic addressed. Patient studies across
conditions reported mixed results regarding the doctor’s manner of managing the
consultation. While this was not the case for everyone, it was often felt that they
did not receive emotional support at the time of diagnosis and described
unsympathetic, detached, insensitive professionals with an overly medical and
casual approach. In other words, as Habermann (1996) noted: ‘The human
significance was passed over and objectified by what is known about the disease

and treatment’. (p.404). Patients’ negative experiences highlighted a contrast



between their strong emotional reaction to the news of the diagnosis and the
often-emotionless practice of their doctors, which left them feeling angry,
disappointed, bitter or even dehumanised. A factor that could partially explain
why individuals felt they did not receive adequate information and emotional
support from their doctors were time constraints. Individuals across conditions
often reported receiving short consultations, which caused frustration and a sense

of being ‘rushed’ (Macht et al., 2003).

Practice and research implications

This scoping review showed that several aspects of the diagnosis delivery
process could be improved. Although the difficulties inherent in effective doctor-
patient communication are significant, efforts must be made to promote a culture
of continuous professional development and learning in this important area
(Levinson, 2011). Adopting a truly patient-centred approach to communication
needs to be the overarching framework for development and improvement. As
part of this, healthcare professionals delivering such diagnoses need to assess
patients’ information needs by being sensitive to patient cues, checking their
understanding of the information provided and providing time for questions.
However, given that many professionals are restricted by time, it is suggested that
they at least provide basic information about the condition, an overview of
treatment options and effects of the condition on daily life and then signpost
patients to reliable information sources such as specialist nurses and disease
associations which will further support them. Delivering the diagnosis in two

consultations has also been found to be beneficial to patients. Moreover,



professionals need to maintain a caring and empathic attitude, avoid an overly
medical and detached approach and provide support especially to patients who

show the need to share their concerns and emotions.

Beyond practice implications, future research should incorporate doctors’
views, encourage experiential and emotional explorations and, therefore, create a
deeper and more holistic understanding of the doctor-patient communication at
the time of diagnosis. The aim of this would be to shed light on the challenges and
facilitators of effective communication at this time, inform best practice guidelines

and appropriately support professionals.

Limitations

This scoping review’s main limitations are the inclusion of only studies
written in English due to funding and time constraints, and the potential inclusion
of low-quality studies due to the absence of a quality appraisal tool. However, this
is usual practice in scoping reviews (Pham et al,, 2014). In addition, the screening
of the titles/abstracts and the eligibility assessment of the papers were made by

only one person and only 10 % of the citations were reviewed by a second person.

Conclusion

This scoping review found that diagnosis communication is a crucial

moment for patients with MNDDs which requires a careful approach from doctors.

Although some basic standards of good practice were being met and patients were



generally satisfied, a significant proportion of patients were dissatisfied with the
way they were given their diagnosis and reported issues related to inadequate
information provision, lack of empathy and insufficient consultation duration. The
review also found an important research gap on professionals’ perspectives of
giving bad news to individuals with these conditions. More research involving
both the bearer and the receiver of bad news for MNDDs is needed for the
development of evidence-based training programmes and guidelines for diagnosis

communication, all informed by a patient-centred approach.

Endnote (i): MS’s neurological nature has been a matter of controversy in
medicine. We signpost to this review of data that supports neurodegeneration as
the major cause of irreversible neurological damage: Trapp, B. D., & Nave, K. A.
(2008). Multiple sclerosis: an immune or neurodegenerative disorder?. Annu. Rev.

Neurosci., 31, 247-269.



Tables and Figures

Table 1. Search Strategy (Databases searched on July 29" 2019)

Database

Pubmed

Scopus

CINAHL

Search Terms

((((("Multiple Sclerosis/diagnosis"[Mesh] OR "Multiple
Sclerosis/physiology"[Mesh]) OR ("Motor Neuron
Disease/diagnosis"[- Mesh] OR "Motor Neuron
Disease/physiology"[Mesh])) OR ("Amyotrophic Lateral
Sclerosis/diagnosis"[Mesh] OR "Amyotrophic Lateral
Sclerosis/psychology"[Mesh])) OR ("ParkinsonDisease/
diagnosis"[Mesh] OR "Parkinson Disease/psychology"[Mesh])))
AND

(CCCCCC(("Patient Satisfaction"[Mesh] OR "Referral and Consultation"[
Mesh]) OR ("Physicians/ethics"[Mesh] OR "Physicians/
psychology"[Mesh])) OR "Communication"[Mesh]) OR "Truth
Disclosure"[Mesh]) OR "Attitude to Health"[Mesh]) OR "Physician-
Patient Relations"[Mesh]) OR "Attitude of Health Personnel"[Mesh])
OR "Professional-Patient Relations"[Mesh]) OR "Health

Personnel /psychology"[Mesh])

(TITLE-ABS-KEY("parkinson* disease" OR "motor neuron* disease"
OR "amyotrophic lateral sclerosis" OR "Lou Gehrig*" OR "multiple
sclerosis"))

AND

(TITLE-ABS-KEY("bad news" OR (communicat* W/4 diagnos*) OR
(deliver* W/4 diagnos*) OR "being diagnos* OR (receiv* W/4
diagnos*) OR (giv* W/4 diagnos*)))

(MH "Parkinson Disease/DI/ED/EI/NU/PF") OR (MH "Amyo- trophic
Lateral Sclerosis/DI/ED/EI/NU/PF") OR (MH "Multiple
Sclerosis/DI/ED/EI/NU/PF") OR (MH "Motor Neuron Diseases/DI/
ED/EI/PF/NU")

AND

(MH "Parkinson Disease/DI/ED/EI/NU/PF") OR (MH "Amyotrophic
Lateral Sclerosis/DI/ED/EI/NU/PF") OR (MH "Multiple
Sclerosis/DI/ED/EI/NU/PF") OR (MH "Motor Neuron Diseases/DI/
ED/EI/PF/NU") PsycINFO (DE "Parkinson's Disease") OR (DE
"Amyotrophic Lateral Sclerosis")) OR (DE "Multiple Sclerosis") OR
(DE "Neurodegenerative Diseases")

AND

(DE "Diagnosis") OR (DE "Medical Diagnosis") OR (DE "Preferences")
OR (DE "Information Seeking") OR (DE "Health Personnel Attitudes")
OR (DE "Therapeutic Processes") OR (DE "Neurologists") OR (DE
"Client Satisfaction") OR (DE "Health Service Needs") OR (DE
"Neurodegeneration") (DE "Quality of Care") OR (DE "Quality of
Services") OR (DE "Client Attitudes").



Table 2. Inclusion and Exclusion Criteria

Inclusion criteria

Exclusion criteria

Empirical studies

Reviews, guidelines or opinion papers

Written in English

Written in any other language

Published in peer-reviewed journals

Published in non-peer-reviewed journals

Adult patients’ and doctors’ perspectives

Child or adolescent patients, patients’

families, carers or healthcare
professionals’ other than doctors’
perspectives

Studies focusing on people with MND, PD
or MS

Studies focusing on other conditions or
studies which include MND, PD or MS but
do not report separate data for these

conditions

Studies reporting data on doctors’ and
patients’ perspectives on the diagnostic
delivery consultation (e.g, patients’
information needs and satisfaction with
the consultation, doctors’ practice and
attitudes towards breaking the bad news
and doctor-patient communication at the

point of diagnosis in general)

Studies who focus on other aspects of
diagnosis delivery such as the timing of the
diagnosis, the pre-diagnostic period, or the
long-term impact of diagnosis delivery.
Also, studies which only report data on
patients’ emotional reactions or coping

with the diagnosis.




Table 3. Characteristics of included studies

Total number of studies included | 47

Studies on patients’ perspective 42 (MND= 15, MS=20* PD=7)

Studies on doctors’ perspectives | 6 (MND=2, MS=3 PD=1)

Quantitative studies 19

Qualitative studies 25

Mixed-methods studies 3

Countries UK= 15, Australia= 6, USA= 4, Italy= 5,

Germany= 3, Sweden= 3, Netherlands= 2,
South Africa= 2, Canada= 1, Greece= 1, Iran=1,
New Zealand= 1, Norway= 1, 2 European,

multi-country surveys

*One study (Heesen et al., 2003) addressed both patient and professionals’ perspectives.



Table 4. Characteristics of studies included in the review

No. | Paper Was diagnosis Methodology Participants* Country Main results*
delivery the main
focus of the study?
1 Abdulla et al,, 2014 | No Quantitative 106 people Germany 68% were satisfied with how the diagnosis was delivered, 69% were
with MND satisfied with the amount and 77% with the comprehensibility of
information provision.
Qualitative comments about impersonal /too short consultation.
2 Aoun etal,, 2016b Yes Quantitative 248 people Australia 65% were satisfied with diagnosis delivery and 35% were not satisfied.
with MND
Higher satisfaction was associated with longer consultation times.
3 Aounetal, 2018 Yes Qualitative 248 people Australia Mixed results regarding neurologist’s empathy and emotional support
with MND provision as well as time provided for the consultation.
Information preferences differed among participants but signposting to
the MND Association was viewed positively.
4 Aoun etal,, 2016a Yes Quantitative 73 neurologists | Australia 68% reported requiring two consultations to convey the diagnosis.

Mean consultation time was 23 minutes and 45 minutes for neurologists
practicing in MND multidisciplinary clinics.

70% found delivering the diagnosis “very to somewhat difficult”, 43%
found responding to patient/family emotional reactions to be difficult
and 65% experienced “high to moderate” stress and anxiety.

Being honest but not taking away hope (80%); dealing with

the patient's emotion (38%) and spending the right amount of time
(28%) were found to be the most challenging aspects of diagnosis
delivery.

74% were ‘somewhat to very interested’ to receive training in
responding to patient’s emotions.




5 Barker-Collo No Qualitative 16 people with | New Zealand Patients shared their experiences with doctors’ ‘overly medical or
&Read, 2006 MS formal approach’.
All participants wanted information about MS at the time of the
diagnosis but were aware that shock at that point did not help assimilate
it.
6 Beisecker et al. No Quantitative 41 people with | United States Of the 35 patients who responded to questions about diagnosis delivery,
1988 MND, but only 24 described a straightforward or even blunt disclosure style. Out of
35 were asked these 24 patients, 19 found this an acceptable disclosure style but others
about diagnosis thought the physician seemed upset for having to give such a diagnosis
disclosure or talking about the fatality of the disease took away all hope.
7 Bloem & Stocchi, No Quantitative 2068 people 35 countries in | 52.5% of patients rated their experience with the diagnosis delivery as
2012 with PD Europe ‘good or very good’ and 45.3% as ‘poor or very poor’.
62.2% of patients reported having received general information about
their condition, 22.1% received detailed information, 14% received
information about medication at diagnosis and less than 2.8% received
information about PD support organisations.
66% found information provided to be ‘helpful or very helpful’
8 Callagher et al,, Yes Quantitative 23 people with | United Patients receiving their diagnosis through a ‘fast-track’ service which
2009 (Clinical audit MND Kingdom utilised knowledge from the ‘breaking bad news’ literature and limited
of patient waiting times shared their positive experiences with the consultation
satisfaction) they received at the time of diagnosis and were content with the privacy,
time and sensitivity provided and having a relative present.
9 Ceuninck van Yes Qualitative 10 people with | Netherlands Patients could vividly remember the physician delivering the diagnosis
Capelle et al., 2015 MS and reported mixed experiences. Some were satisfied with how the
doctor handled the consultation and the way they explained the
diagnosis, while some others reported receiving the diagnosis in an
abrupt manner, not having their questions answered and their emotions
attended.
10 | Chioetal, 2001 No Quantitative 36 centres with | Italy Mean consultation time for diagnosis delivery was 32.7 minutes in large

an interest in
MND
(questionnaires

centres and 27 minutes in small centres.
Written information at diagnosis was given by 8 (36%) small and 5
(36%) large centres.




filled by
neurologists)

11

Chio etal., 2007

No

Quantitative

60 people with
MND

Italy

Patients gave high ratings about their overall satisfaction with diagnosis
delivery and how encouraging and understanding of their emotions
their physician was. Higher satisfaction was associated with the feeling
that the

physician has understood their feelings.

Most patients wanted to receive information about current research on
MND (65%), therapies that could slow disease progression (56.7%) and
MND outcome (43.3%)

12

Dennison et al.,,
2016

No

Qualitative

15 people with
MS

United
Kingdom

Patients reported negative experiences about how their diagnosis was
communicated and the lack of support they received at that time which
left them feel distressed and upset. Neurologists were viewed as
‘diagnosers’ with no interest in patients’ perspectives.

All patients reported diagnosis as an unsuitable point for receiving
prognostic information.

13

Edwards et al.,,
2008

Yes

Qualitative

24 people with
MS

United
Kingdom

Many participants were not satisfied with how they received their
diagnosis, especially with physicians’ often casual and unsympathetic
approach. One participant reported being given the diagnosis over the
phone and another one at Christmas Even. Such negative experiences
elicited emotions of disappointment and anger

The majority felt they had not received adequate amount of information
(n=20)

14

Gottberg et al,,
2008

No

Quantitative

166 people
with MS

Sweden

55% of patients were dissatisfied with the situation in which they first
received the diagnosis

15

Habermann, 1996

No

Qualitative

16 people with
PD

United States

Reactions of shock when receiving the diagnosis did not allow some
participants to process the information provided at that point, but others
clearly recalled being given very little information about their diagnosis.
A participant who received inadequate information at the point of the
diagnosis shared his experience with an unsympathetic professional who
only saw him for 12 minutes and did not give him any hope.




Living and coping with the disease were not discussed with their
physician at the point of diagnosis.

16 | Heesenetal, 2003 | Yes Quantitative 434 people Germany 90% of patients reported receiving the diagnosis from a neurologist and
with MS, 80 50% considered them the major aid helping to understand the disease
neurologists and up to 50% reported that the time invested by the physician for the

diagnosis delivery was too short. 30% reported that information was
given too cautiously and 52% were not informed about available
therapies at the point of diagnosis, 71% of those who received such
information rated the extent as sufficient.

28% of neurologists do not use the term multiple sclerosis when
explaining the diagnosis, 84% try include patients’ relatives to the
consultation, most of them believe that 80%-100% of their patients are
fully informed about their diagnosis but 70% thought their patients are
well-informed about therapeutic options

17 | Hepworth & No Mixed 2030 United Out of the 103 patients who participated in the focus groups, 49%

Harrison, 2004 (questionnaires | questionnaire Kingdom mentioned negative experiences they had when they received their
and focus respondents diagnosis and only 8 participants were happy with how they were given
groups) and 103 the diagnosis. The most often negative experiences were related to the
participated in physicians’ attitude and inadequate provision of information and
the focus support.
groups (people
with MS) Data from the questionnaires showed that at the point of diagnosis over
50% of participants would like to receive information on symptoms and
management, drug treatments, disease course, exercise, diet and
information for the family. The study also showed that whereas only
20% of patients diagnosed in 1980 received information about their
diagnosis, the majority of patients (70%) diagnosed after 2000 had
received information at diagnosis.

18 | Hogdenetal, 2012 | No Qualitative 14 people with | Australia Two participants reported having limited understanding of the

MND implications of MND at the time of diagnosis which implied inadequate

information provision, but also several participants were frustrated that
professionals did not share information on survival times and disease
trajectories.




Patients considered insensitive communication of the diagnosis by
neurologists as one of the negative experiences they had had with
interacting withhealthcare professionals.

19 | Hugel etal, 2006 Yes Qualitative 13 people with | United Patients in this single-centre study were satisfied with how their
MND Kingdom diagnosis was communicated and particularly valued being given the
diagnosis in a private setting, with a relative or carer involved in the
consultation, in an empathic way tailored to their needs.
20 | Hughesetal, 2005 | No Qualitative 9 people with United Patients needed information about their entitlements to services at the
MND Kingdom point of diagnosis.
Some patients felt that the physicians delivering the diagnosis were
distant.
21 | Isaksson & No Qualitative 61 people with | Sweden Some patients reported having received the diagnosis through the
Ahlstrom, 2006 MS telephone and felt angry about the way they were informed.
22 | Johnson, 2003 Yes Qualitative 24 people with | United Patients shared a variety of experiences related to how they had
MS Kingdom received their diagnosis, but most of them shared their dissatisfaction
with how this had been approached by the professionals. Some patients
felt the neurologists were only concerned with reaching the diagnosis
and had no further interest in them as patients, leaving them feeling
‘cut-off’ post diagnosis. More positive experiences were reported by a
patient who was given the news by their GP and five participants who
were told of an MS nurse.
23 | Johnstonetal, Yes Quantitative 50 people with | United 29 patients understood what they told at diagnosis, 15 did not and 5
1996 MND Kingdom were unsure. 24 patients asked the questions they wanted to ask but 22

did not and understanding was associated with being able to ask
questions.

Half of the patients were given the diagnosis with no one else included
in the consultation and only 8 had been asked to bring someone. Four
patients were given the diagnosis in a non-private setting.

23 patients reported some good points about how they received the
diagnosis, such as the doctor telling the truth, being honest and direct
and showing kindness/empathy.

26 patients reported some bad points such as being told the diagnosis in
a vague or indirect way, not being able to ask questions or the lack of
privacy.




Patients suggested improvements for better diagnosis communication
such as giving more information and providing clearer explanations.

24

Lode et al., 2007

No

Quantitative

86 people with
MS

Norway

56.8% of patients were satisfied and 43.2% were dissatisfied or very
dissatisfied with the information they received at diagnosis (satisfaction
with information was associated with future coping with the condition
and the employment of problem-solving strategies).

25

Lorefice etal., 2013

No

Quantitative

497 people
with MS

Italy

67% of patients were completely satisfied with their diagnosis, 24%
thought the process to be lacking in some respects and 9% were
dissatisfied, while 64% thought the medical staff were kind and 30%
thought they were attentive.

Information on MS therapies and therapeutic choice were considered
exhaustive by the majority of patients (79% and 83%) and 53% of
patients were satisfied with information about future therapy options.

26

Macht et al.,, 2003

No

Qualitative

33 people with
PD

Germany

At diagnosis, patients needed information on the causes, symptoms and
treatment choices.

Patients shared a variety of experiences regarding the communication of
their diagnosis. Those who shared positive experiences had been
immediately given diagnosis and disease-related information tailored to
their needs and felt they could cope with their condition. On the other
hand, patients were not always provided with information or answers to
their questions about their diagnosis in a timely manner. A patient also
reported that they were given the diagnosis within 5-10 minutes
without any further explanation.

27

Malcomson et al.,
2008

No

Qualitative

13 people with
MS, 2 focus
groups

United
Kingdom

7 patients shared their experiences with the physicians’ often abrupt
and insensitive approach to diagnosis delivery, which lacked empathy
and understanding. 10 participants also thought that professionals were
vague when giving the diagnosis. 11 participants reported that they
received no information about coping with the diagnosis and the
symptoms and daily living with the condition. These negative
experiences caused confusion and worry to these participants, whose
questions about their condition remained unanswered and felt the
physicians could not understand how they feel. In contrast, one
participant shared a positive experience with how she received the




diagnosis by a GP who provided her support and information and was
also offered counselling and help from nurses.

28

Martinelli et al.,
2012

Yes

Quantitative

172
neurologists

Italy

96% of neurologists communicated the diagnosis in a private setting
52% required less than half an hour, 38% require 30-60 minutes and
10% require more than an hour to deliver the diagnosis.

61% answered patients’ questions and doubts and try to offer comfort
and support, suggesting a disease-modifying therapy

26% provided written information

88% preferred to involve patients’ relatives in the consultation

32% straightforwardly used the term multiple sclerosis from the
beginning of the consultation, 11% avoided using it and 57% only used
it at the end of the consultation or in subsequent visits.

87% used language aimed at obtaining cooperation and bidirectional
communication, 79% would like to tailor their communication on
patient’s psychological profile but only 3% thought this is possible,
mostly because of limited time resources

64% felt emotionally involved in the relationship with the patient
79% rated their communication as adequate or competent, but only
14% thought they could manage all patients’ needs and expectations

29

McCluskey et al,,
2004

Yes

Quantitative

144 people
with MND

United States

Patients reported that physicians spent an average of 32 minutes to
deliver the diagnosis, 36% spend less than 20 minutes, 27% spent less
than 15 minutes, 17% spend less than 10 minutes and 5% less than 5
minutes.

Patients rated the physician’s performance as poor (16.4%), below
average (8.6%), average (31%), good (19%), or excellent (25%).

Less than half of physicians informed patients about MND-related
association and about half gave information on specialised centres. 65%
of physicians identified MND as terminal, but according to patients only
a few (11%) discussed end of life options, hospice (9%) and
tracheostomy and ventilation (17%).

Rating of physician’s performance was associated with time spend to
deliver the news.

30

O'Brien etal., 2011

Yes

Qualitative

24 people with
MND

United
Kingdom

Patients reported mixed experiences regarding diagnosis delivery. Some
reported positive experiences, where bad news was adequately
explained in a sensitive manner. Others had unsatisfactory experiences,




reporting blunt interactions with physicians with poor communication
skills and empathy. Some patients also talked about the very short
consultation that lacked privacy and information provision. Patients
with such negative experiences felt anger but could also feel sympathy
and understood the difficulty that physicians faced when breaking bad
news.

31

Papathanasopoulos
etal, 2008

Yes

Quantitative

217
neurologists

Greece

41.7% of neurologists used the term multiple sclerosis when delivering
the diagnosis and preferred other terms such as demyelination or
nervous system infection.

78.7% included patients’ relatives in the consultation

Most physicians felt that the information they provided helped the
patient understand the meaning of the diagnosis. When a patient does
not fully understand the meaning of the diagnosis, 72% of physicians
thought this was mainly because of their education level and also their
emotional response to the news (51.9%).

52% reported investing more than 30 minutes, 22% more than an hour
and at least two sessions to deliver the diagnosis.

32

Pavey etal.,, 2013

Yes

Qualitative

41 people with
MND

United
Kingdom

It was common in participants’ accounts to feel that diagnosis delivery
was carried out in a way that avoided personal involvement and lacked
emotional support and empathy. Limited consultation duration and
inadequate information provision and explanation of the diagnosis was
also a common issue for patients. Some reported being informed about
the MND Association but this was not the case for everyone. Finally,
some patients reported that they had not been asked to bring someone
with them.

33

Peek, 2017

Yes

Qualitative

37 people with
PD

United
Kingdom

Most patients talked about their negative experiences of being
diagnosed. They felt their interaction with the doctor was ‘business-like’
and ‘swift’, the physicians did not seem to understand the emotional
impact of the diagnosis and often offered a very short appointment,
providing little or no explanation of the diagnosis. On the contrary,
patients appreciated an approach that showed that the significance of
this moment was respected by the doctor, who provided reassurance
and a sense of hope.

34

Pinder, 1992

Yes

Qualitative

15 people with
PD, 18 GPs

United
Kingdom

GPs approached diagnosis delivery based on their theoretical knowledge
and felt content having ‘solved the puzzle’ and being able to manage the




condition via medication. Most of them felt the diagnosis of PD is not as
emotionally loaded, comparing it to other more severe neurological
conditions and considered it a somehow natural outcome of the ageing
process, ideas which they try to incorporate in the diagnosis delivery
consultation. However, some GPs also acknowledged the ‘horrifying’
impact the diagnosis might have on the patients and tailored their
consultations accordingly.

Although data on the patients’ perspectives focused mostly on their
emotional reaction and coping with the diagnosis, it is implied that
patients at the point of diagnosis had unanswered questions regarding
the nature of PD.

35 | Pretorius & Jouber, | No Qualitative 10 people with | South Africa Most participants were dissatisfied with their doctors’ often
2014 MS unsympathetic or ‘rushed’ approach, reporting very short consultation
times and little or no information provision about how to cope with MS
and adjust their lifestyle.
36 | Remm, 2019. Yes Qualitative 6 people with Australia Patients reported mixed experiences regarding the physician’s approach
MND to diagnosis delivery. Patients valued being cared for and treated as a
person rather than a diagnosis and felt anger when this was not the case.
Patients with positive experiences felt their physician was genuinely
interested in them, someone who they could speak openly and trust.
37 | Schragetal., 2018 Yes Quantitative 1775 people 11 European 50% thought they were given the diagnosis quite or very sensitively and
with PD countries 50% felt they were told not very or not at all sensitively.

38% reported being given enough time to ask questions and discuss
concerns, while 17% would have liked more time to ask questions, 12%
reported not having been given any time to ask questions and 28% felt
they were not able to ask question at that time anyway.

2% reported not being given any information at all, patients received
mostly information on symptoms, diagnosis, causes and medication and
almost half of the respondents did not receive information on non-drug
treatments. Information was perceived as helpful by 64% of
respondents, but 36% did not find the information helpful.

499% were satisfied, 29% were neutral and 22% were dissatisfied with
the consultation at diagnosis.




Patient satisfaction was associated with more sensitively diagnosis
delivery, time provided to ask questions and quantity of information
provided.

38 | Seeberetal, 2016 No Qualitative 10 Netherlands Some patients wanted to obtain as much information as possible while
appointments others were more reserved at diagnosis, however everyone wanted to
observed, 21 know about prognosis and available therapies. Patients valued when the
people with physicians were straightforward and had asked them to bring someone
MND were with them and being offered a second appointment to further explain
interviewed the diagnosis was generally viewed positively. Patients valued this

quick follow-up appointment since it gave them the opportunity and
time to ask questions, clear misunderstandings, but also express their
stressed, wishes and expectations about the future.

39 | Shawetal, 2016 No Qualitative 12 people with | United While some participants were satisfied with how they were given their
PD Kingdom diagnosis, others had negative experiences, such as being told in a non-

private environment or being told in an abrupt, impersonal manner.
Patients’ information preferences at diagnosis also differed, with some
patients wanting as much information possible, while others felt that too
much information was not helpful for them.

40 | Solarietal., 2007 Yes Qualitative 23 people with | Italy Patients reported mixed experiences regarding how they received their

MS in two focus
groups

diagnosis, but it was generally agreed that patients diagnosed more
recently had more positive experiences. All participants agreed that
physicians should invest adequate time for diagnosis delivery, however
not all had enough time to discuss the diagnosis in-depth and ask
questions. Patients also required a private setting without interruptions
when receiving the bad news and when this was not the case, they felt
helplessness. Patients had different preferences regarding the presence
of significant others or other healthcare professionals in the
consultation at the point of diagnosis but agreed that the presence of
staff not involved in the consultation impaired the confidentiality of the
meeting. Regarding information provision, patients agreed that it should
be tailored to the situation and the needs of the individual, but
explanations should be kept simple, using direct language and avoiding
medical jargon. Patients valued bilateral communication and being
offered a quick follow-up appointment with the same physician to
further discuss the diagnosis and ask questions.




41 | Thorneetal, 2004 | No Qualitative 12 people with | Canada Participants talked about the value of timely and direct information

MS provision and their disapproval of being patronised by physicians who
did not want to give too much information, avoided to talk about worst-
case scenarios and were evasive and general rather than direct and
specific. However, a participant felt disempowered by learning about the
chronic and degenerative nature of MS.

42 | Thornton & Lea, No Mixed 40 people with | South Africa 70% felt they did not receive sufficient information at the time of

1992 MS diagnosis and out of 30% who did so, most believed it was because they
had pushed for it and others felt they would not be able to cope with
additional information.

Although most participants felt their consultants would be able to
answer their questions, some thought they were to ignorant to know
what questions to ask.

43 | Warrenetal,, 2016 | Yes Qualitative 6 people with United Patients shared negative experiences they had with diagnosis delivery,
PD Kingdom particularly a lack of compassion or sensitivity from the diagnosing

physician. Patients also had the sense that professionals did not have
sufficient time for the consultation.

44 | White etal., 2007 No Quantitative 145 people United States 449% of patients reported that a medical provider discussed their
with MS emotional well-being with them at the time of diagnosis

Patients who reported talking about their emotional well-being at
diagnosis had significant higher levels of acceptance and positive
outcomes Illness

Cognition Questionnaire.

45 | Wollin etal., 2000 No Mixed 34 people with | Australia 73% of patients believed patients should be informed about how MS
MS completed affect patients at diagnosis (the need for information on MS symptoms
the was also a common theme for the patients interviewed). Information on
questionnaire managing (57%) and treatment (50%) of MS was also favoured.
and 7 were Regarding information about services at the point of diagnosis, patients
interviewed reported that information about counseling (62%), support groups

(59%), and physiotherapy and exercise (58%) would have been useful.
From the 29 patients who answered the open-ended questions of the
survey, 20% had been advised to contact MS society and 17% indicated
they had received no useful information at diagnosis.

46 | Yazdanniketal, No Qualitative 20 people with | Iran Some patients were not satisfied with how the diagnosis was

2015 MS communicated, especially when they were only provided with a brief




description of the diagnosis and the consultation was rushed or they felt

the professional did not pay attention to their mental needs.
47 | Ytterbergetal, No Quantitative 219 people Sweden 57% of patient were satisfied with the circumstances under which the
2008 with MS diagnosis was delivered

*The table only addresses study participants and results that relate to the research question of this review.
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Abstract

Background: The communication of a life-changing diagnosis can be a difficult
task for doctors with potential long-term effects on patient outcomes. Although
several studies have addressed the experiences of individuals with motor
neurodegenerative diseases in receiving this diagnosis, a significant research gap
exists regarding professionals’ perspectives, especially in the UK. This study aimed
to assess UK neurologists’ current practice and perspectives on delivering the
diagnosis of a motor neurodegenerative disease, explore different aspects of the
process and detail the potential challenges professionals might face.

Methods: We conducted an anonymised online survey with 44 questions, grouped
into four sections; basic demographic information, current practice, the
experience of breaking bad news and education and training needs.

Results: Forty-nine professionals completed the survey. Overall, participants
seemed to meet the setting-related standards of good practice; however, they also
acknowledged the difficulty of this aspect of their clinical work, with about half of
participants (46.5%) reporting moderate levels of stress while breaking bad news.
Patients’ relatives were not always included in diagnostic consultations and
participants were more reluctant to promote a sense of optimism to patients with
poorer prognosis. Although professionals reported spending a mean of around
30-40 min for the communication of these diagnoses, a significant proportion of
participants (21-39%) reported significantly shorter consultation times,
highlighting organisational issues related to lack of capacity. Finally, the majority

of participants (75.5%) reported not following any specific guidelines or protocols



but indicated their interest in receiving further training in breaking bad news
(78.5%).

Conclusions: This was the first UK survey to address neurologists’ practice and
experiences in communicating these diagnoses. Although meeting basic standards
of good practice was reported by most professionals, we identified several areas
of improvement. These included spending enough time to deliver the diagnosis
appropriately, including patients’ relatives as a standard, promoting a sense of
hope and responding to professionals’ training needs regarding breaking bad

news.

Keywords: Breaking bad news, Diagnosis communication, Patient-provider
communication, Neurodegenerative, Motor neurone disease, Multiple sclerosis,

Parkinson’s disease, Huntington’s disease



Background

Breaking bad news is a critical and distressing process for patients but also
an often stressful and challenging task for clinicians (Fallowfield & Jenkins, 2004;
Ptacek & McIntosh, 2009). Bad news in medicine refers to ‘any information likely
to alter drastically a patient’s view of his or her future’ (Buckman, 1984, p. 1597)
such as the communication of the diagnosis of a potentially life-changing
condition. How a diagnosis is delivered can have a long-term impact on patient
outcomes such as treatment adherence (Fallowfield & Jenkins, 2004),
psychological adjustment and involvement in treatment decision making (Roberts
et al., 1994), understanding of the condition (Kaplowitz & Safron, 1999) and
satisfaction with care (Schofield et al, 2003). From the doctor’s perspective,
breaking bad news can be an emotionally burdensome and intrinsically difficult
task, with factors such as time constraints, intercultural differences in relation to
diagnosis disclosure and lack of private space making it even more challenging

(Bousquet etal., 2015).

Most studies on the delivery of bad news have been conducted within the
field of oncology. However, the delivery of bad news can be a critical issue in other
medical specialties such as neurology. Storstein (2011) argues that when breaking
bad news, neurologists deal with specific challenges that relate to particular
medical considerations and the emotional aspects of neurological diseases. In
particular, several chronic neurological conditions, such as Parkinson’s disease
(PD), multiple sclerosis (MS) and Huntington’s disease (HD), are incurable, have a

progressive nature and impact both physical and cognitive functions [8], while



others, such as motor neurone disease (MND), can also be more immediately life
threatening (Winhammar et al., 2005). A scoping review of doctors’ and patients’
perspectives on giving and receiving the diagnosis of MND, MS or PD (Anestis et
al,, 2020) revealed mixed results regarding patients’ experiences and satisfaction
with how diagnosis delivery was handled. The main factors which contributed to
negative patient experiences were the often-limited duration of the consultation,
inadequate information provision and a perceived insensitive approach by the
professional breaking the news. Moreover, the review found a significant research
gap on studies addressing the physicians’ perspectives, which could offer a better

understanding of the doctor-patient interactions at the time of the diagnosis.

The aim of this study was to assess UK neurologists’ current practice when
delivering the diagnosis of a motor neurodegenerative disease (MNDD), in
particular PD, MS, HD and MND. Currently, there are no UK studies on this topic,
the aim of the study was to explore different aspects of the process, such as the
setting, duration and challenges of communicating a diagnosis of this nature. In
addition, potential factors affecting practice and differences between delivering
the diagnosis for different conditions were also explored. As the results are

descriptive, no hypotheses were made.

Method

The study was approved by both the authors’ host institution’s research
ethics committee and the Health Research Authority, a unified system for the

governance of health research in the UK.



The questionnaire used for this study was constructed after a
comprehensive review of the relevant literature on breaking bad news and
guidelines such as SPIKES, the Six-Step Protocol for Delivering Bad News (Baile et
al, 2000) and the National Institute for Health and Care Excellence (NICE)
guidelines for the management of MND (NICE, 2016), MS (NICE, 2014) and PD
(NICE, 2017). It was also largely based on the questionnaire used by Aoun et al.
(2016b) for a similar study on neurologists’ experiences on delivering the
diagnosis of MND in Australia. The first draft of the survey was reviewed by two
practising neurologists for clarity and relevance and adjustments were made

based on their comments.

The survey was hosted online on the Qualtrics platform and was open for
2 years (from September 2018 to September 2020). Eligible participants were
medical professionals, including specialist registrars, practising in the UK who had
experience in delivering the diagnosis for at least one of the conditions included
in the survey. The survey comprised 44 questions grouped into four sections;
demographic information, current practice, the experience of breaking bad news
and education and training needs (see Appendix 3). It was completed
anonymously, and questions were mainly closed with several open-ended
questions where participants were asked to elaborate on their answers or provide
any further comments. Participants were recruited through the Association of
British Neurologists (ABN), other associations related to neurology or MNDDs and

through collaborations with National Health Service (NHS) trusts.



Data from the closed questions were imported and analysed in IBM SPSS
26 software package (IBM, 2019), using descriptive statistics; means, standard
deviations, range and frequencies. In addition, qualitative data from the open-
ended questions of the survey were used to enhance, explain and expand the
findings from the analysis of the quantitative data. Respondents who completed

less than 50% of the survey (N < 5) were excluded from the study.

Results

Participants’ profile

Forty-nine professionals responded to the survey; 43 consultant
neurologists, 4 neurology specialist registrars, one consultant neuropsychiatrist
and one clinical fellow. Participants were mainly male (67%), almost half of them
were in the 41-50 age group (48%) and had a mean of 10 years of experience
(ranging from less than one to 23: SD = 6.8). Almost all participants mainly
practised in England, 5 participants mainly practised in Wales and although all
participants practised in the NHS, 12 participants were also practising privately.

See Table 1 for a summary of participants’ demographics.

Diagnosis disclosure

Most participants had experience in communicating all four diagnoses

under review; 90% of professionals had experience in breaking bad news for PD,

88% for MND, 84% for MS and 67% for HD. Most of the professionals who had



experience in delivering the diagnosis of HD (73%) had only communicated 1-20
diagnoses, which can be explained by the rarity of the condition and the diagnosis
of onsetl of HD potentially being given mostly in specialist clinics.

The vast majority of professionals (87%) reported always disclosing the
diagnosis for these conditions to the patients. Text comments highlighted that it
would be ‘fundamentally unethical’ not to inform a patient of their diagnosis.
Participants believed that being honest and transparent about the diagnosis
helped with the management of the condition and building a relationship with the
patient. However, some comments indicated that professionals would not disclose
the diagnosis only when patients had clearly stated that they did not wish to know
or when the diagnosis was not definite and further investigation was required.
Moreover, 30% of participants reported that they would sometimes refer patients
to other medical professionals who would then deliver the diagnosis. Qualitative
comments indicated that they would follow this approach when they were

uncertain about a diagnosis or they could refer to a specialist clinic.

Setting, time and people involved in the consultation

When asked about the setting of the consultation, 74% of participants
reported ‘always’ delivering the diagnosis in a private space and 96% stated that
‘most of the time’ or ‘always’ the diagnosis was communicated without any
interruptions. In addition, 75% of professionals reported always maintaining eye
contact with the patient and 75% arranged to have suitable seating at the same

level as the patient without a desk or barrier.



On average, professionals reported investing around 30 min for the
delivery of the diagnosis for PD (M = 30, SD = 9.3), MS (M = 28.7, SD = 10.4) and
HD (M = 29.9, SD = 16.5) and 41 min (SD = 26) for MND. However, a considerable
proportion of participants (21% for PD, 32% for MS, 39% for HD and 20% for
MND) reported spending 15 to 20 min for the diagnosis consultation and 30% of
participants reported spending over an hour to communicate the diagnosis of
MND. More than half of professionals (64%) believed patients were given enough
time to ask questions and express their emotions. However, across conditions, 58-
69% of professionals ‘sometimes’ needed more than one consultation to explain
these diagnoses and 23-35% ‘always’ needed more consultations. One participant
explained that diagnosis communication was a more dynamic process, beyond the

diagnostic consultation:

‘I do not think that breaking the diagnosis is really a one-off event (even if
you had all the time in the world), but rather a process that continues throughout
much of the time that you look after an individual as the disease and the patient’s

relationship with it often change as time goes on.’

Furthermore, 72% of professionals did not refrain from giving a diagnosis
at any specific time or day, and those who did so explained that they avoided
giving bad news at a late appointment or before the weekend if the patient was
not accompanied by someone and also before patients’ birthdays or before
holidays such as Christmas. Regarding the involvement of other people in the
consultation, 60% of professionals stated that ‘most of the time’ or ‘always’,

patients were asked to bring someone to the consultation, however 15% reported



that patients were not asked to bring someone. In addition, 53% of participants
‘sometimes’ included other healthcare professionals in the consultation and 19%

‘never’ did so.

Content of the consultation / information giving

Almost all participants agreed that how the diagnosis was reached (96%),
treatment options (96%), the degree of certainty of the diagnosis (92%) and the
course/prognosis of the disease (90%) were topics that should be discussed with
the patient at diagnosis. Causes of the disease (76%) and current research (63%)
were also considered important topics to be covered. Additional comments
showed that neurologists also chose to discuss other important topics, such as the
family, hereditary and legal implications of the diagnosis (e.g. driving),
information on the support plan and other healthcare professionals who would be
involved in their care and signposting to related charities and reputable sources
of information. In addition to oral information, 28% of professionals ‘always’
provided patient-tailored information in written form and 43% did so ‘most of the
time’. Information on local support groups and national charities was ‘always’
shared by about half of the participants for PD, MS and HD and by 67% of
participants for MND. When asked whether they promoted a feeling of optimism
when delivering a diagnosis, more respondents reported ‘probably’ or ‘definitely’

promoting hope in PD (91%) and MS (90%) than HD (39%) and MND (31%)).

Personal experiences and challenges in breaking bad news for MNDDs



Regarding the perceived difficulty of diagnosis communication for these
conditions, 54% of participants believed that it was ‘definitely’ and 23% that it
was ‘probably’ a difficult task for the physician. Most professionals (74%) agreed
that being honest without taking away hope was the most challenging part of
communicating the diagnosis of MNDDs, followed by spending the right amount
of time (47%). Dealing with the patient’s emotional reaction (25%), involving the
family of the patient (14%) and involving the patient or family in decision making
(12%) were considered difficult by fewer participants. When asked about how
often they faced several potential barriers during a breaking bad news
consultation, professionals reported that fear of causing distress (32.5%),
excessive workload (32.5%) and perceived lack of time (30%), were among the
most often experienced barriers, which they faced ‘most of the time’ or ‘always’.
Conversely, fear of the ‘messenger getting blamed for bad news’ and lack or
sufficient training in breaking bad news were not often experienced as barriers.
In addition, 46.5% of respondents reported experiencing moderate and 9%
reported high to very high levels of feelings of stress and anxiety during the
delivery of these diagnoses, while only 12% reported not experiencing such

feelings at all.

Overall, most professionals (61%) believed they were ‘good’ at
communicating the diagnosis of a MNDD, 23% assessed themselves as ‘very good’
and none thought they were ‘poor’ at it. For PD and MS, more than half of the
respondents were confident to very confident (63%) that patients left the
consultation having taken in all the information relevant to them at that point.

However, for the case of HD and MND, 61 and 58% of professionals respectively



were ‘not sure’ to ‘really not confident’ that patients had taken in all the relevant
information. In general, 81% believed patients were ‘somewhat satisfied’ to ‘very

satisfied’ with how the diagnosis was delivered.

Strategies and training on breaking bad news

In the last part of the survey, participants were asked to report on the
strategies they employed and the training they had received in breaking bad news.
Most professionals (75.5%) reported not following any specific strategy or best
practice guidelines when delivering an MNDD diagnosis. Those who did explained
that they followed NICE guidelines and were familiar with research on best
practice and breaking bad news. Most professionals (83%) had received some
kind of training on breaking bad news, either as a part of their formal education,
clinical training or by sitting in with other clinicians who broke bad news.
Qualitative comments also showed that respondents had learnt how to break bad
news through experience, advanced communication skills training and generic
training on breaking bad news, although the latter had focused on cancer. Around
31% had received no training in techniques of responding to patients’ emotions
and, for those who had, they reported having received such training as a part of
their degree or developed these skills through experience and observing others
breaking bad news. Finally, most participants (78.5%) were somewhat to very
interested in receiving further education on breaking bad news and on techniques

for how to respond best to patients’ emotional needs.



Qualitative comments

Most qualitative comments given by participants were related to the
challenges of communicating the diagnosis of an MNDD. Two common issues for
professionals were related to limited consultation times and the lack of capacity
to schedule a follow-up with the patient soon after diagnosis with some follow-up
appointments booked for even 15 months post-diagnosis. Therefore, especially in
general neurology clinics, participants had to cover many different topics in one
single consultation, although the official time slot allocated for the appointment

was not long enough:

‘Given current waiting lists for some of my movement disorders clinics, it may
be 9 months before I next see a newly diagnosed PD patient. I therefore not only have
to explain the diagnosis, pathogenesis, and treatment options but also explain the
treatment plan and contingencies for possible hiccups to cover a ridiculously large
period of time in (officially) fifteen minutes. Is it any surprise my clinics (overruns)

by several hours.’

‘Insufficient time for vast amount of information to be usefully imparted.

Pregnancy discussions alone merit a full consultation.’

Conversely, a participant who was also practising privately reported that
they could ‘see patients again within a week to go over questions and discuss

treatment plans once dust has settled’.



Several professionals talked about this lack of capacity as ‘a service delivery
issue’, which, apart from limited consultation time, involved insufficient access to
nurses and administrative staff who could coordinate these appointments:
‘Someone (is needed) to coordinate (the) pathway so everything (is) available at
consultation: relative, nurse, info etc.’. Specialist clinics seemed to be able to offer a
better service, however one participant commented that referrals were not always

possible when there were no specialist services locally.

Apart from organisational factors which affected their practice,
professionals addressed how various illness and patient-related factors could
affect their diagnostic practice. Diagnostic and prognostic uncertainty were
common issues for participants delivering MNDD diagnoses. One person
highlighted feeling ‘pressured’ by patients to give a diagnosis, even though they
had not reached diagnostic certainty. Similarly, it was not always possible to share
prognostic information, for example regarding the rate of progression and the
potential level of future impairment. In addition, it was often commented that the
lack of curative treatments made breaking bad news more difficult, especially
when patients were initially unaware of the incurable nature of their condition.
However, being able to offer symptom management for PD and disease modifying

treatments for MS made the process of diagnosis delivery more positive.

On an emotional level, professionals reported several patient-related

factors that made breaking bad news more challenging:



‘At times a patient’s situation particularly resonates and this can be

emotionally draining on the clinician.

Participants mentioned several cases that were particularly challenging,
such as delivering a PD diagnosis to young people, delivering an MS diagnosis to
young women who wanted to have children (‘shattering hopes’), delivering an HD
diagnosis to people with children or delivering the diagnosis of MND to a patient
who was presenting rapid progression or with already advanced symptoms at
diagnosis. One professional used the word ‘despondency’ to describe how they felt

when delivering such diagnoses.

Discussion

This is the first UK survey study to address doctors’ practice and

experiences in communicating the diagnosis of an MNDD.

Generally, participants seemed to meet the setting-related standards of
good practice (Baile et al, 2000) in breaking bad news by communicating the
diagnosis in a private space, avoiding interruptions, arranging suitable seating and
maintaining eye contact with patients. Regarding involving other people in the
consultation, there was room for improvement since only 21.3% of professionals
always asked patients to bring someone in consultation, 38.3% did so most of the
time and 15% never did. One participant highlighted the fact that asking a patient
to bring someone with them might act as a warning and could also increase their

distress prior to the consultation and affect how much information they could



absorb. However, although involving patients’ relatives in a diagnostic
consultation can be a challenge for healthcare professionals, they can offer
emotional support, serve as the patient’s advocate and receive important
information they will need if they act as the patient’s primary caregivers (Delvaux
et al, 2005; Merckaert et al, 2013). Moreover, several MNDDs guidelines
specifically recommend or imply that, with the patient’s agreement, their support
network should be present at diagnosis (Andersen et al., 2012; NICE, 2014; NICE,
2016; NICE, 2017).

Consultation duration reported by professionals in this survey was not
always optimal and qualitative comments showed that organisational factors
affected how much time they could invest for diagnostic consultations.
Participants reported spending a mean of around 30 min to deliver the diagnosis
of PD, MS and HD and 41 min for MND, however there was a considerable
percentage of professionals (20-39%) who reported spending 15-20 min. The
latter falls short compared to the European Federation of Neurological Societies
(EFNS) recommended guideline of 45 to 60 min for the diagnosis of MND
(Andersen et al, 2012), however there are no published guidelines on
consultation times for the other MNDDs. These findings correspond with both UK
(Habermann, 1996; Peek, 2017; Warren et al.,, 2016) and international (Aoun et
al., 2018a; Edwards et al., 2008; McCluskey et al., 2004; Macht et al., 2003; Solari
et al., 2007) MNDD patient studies which have reported short consultation times
that often led to patient dissatisfaction. Even though participants in this study
reported sharing information on how the diagnosis was reached, the impact of the
condition on patients’ lives and their care plan, they still believed patients left the

consultation not having taken in all information relevant to them at the point of



diagnosis, especially for the case of MND and HD. This is possibly linked to limited
consultation times or, as one participant noted, due to patients’ state of shock
which affects how much information they can absorb. Professionals reported that
they would often need more than one consultation to fully deliver the diagnosis.
However, this is challenging since, particularly for PD, qualitative comments
highlighted issues related to lack of capacity to book early follow-ups with some

consultations being booked even 15 months post-diagnosis.

Most professionals agreed that diagnosis communication for MNDDs was a
difficult task and being honest without taking away hope was the most challenging
aspect of the consultation, a challenge which has also been reported by Aoun’s
survey of neurologists in Australia (2016b) and professionals working in other
medical specialties such as oncology (Bousquet et al., 2015). Participants in this
study reported being particularly reluctant to promote a feeling of optimism when
delivering the diagnosis of HD and MND. As some qualitative comments suggest,
this could be associated with the poor prognosis for these conditions, however
EFNS guidelines for MND (Andersen et al, 2012) encourage professionals to
discuss reasons for hope, such as ongoing research, drug trials and the variability
of the disease and specifically advise against not providing hope during diagnosis.
It should also be noted that providing hope is not always analogous to indicating
the possibility of a cure. Hope can be generated for the optimal management of the
condition, in whatever form that has to take. Instilling hope therefore can take
many forms and is an important aspect of the patient’s rehabilitation (Soundy et
al,, 2015). Feelings of hopelessness in people with MND have been reported to be

more strongly correlated to quality of life than their physical functioning (McLeod



& Clarke, 2007) and dissatisfaction with information delivery can negatively
influence patient’s sense of hope (Soundy & Condon, 2015). Moreover, a review
by Clayton et al. (2008) showed that although most patients approaching end of
life prefer honest and accurate information, they are also able to maintain a sense
of hope. The review suggested that healthcare professionals should recognise and
foster different and realistic forms of hope relevant to the particular patient and
their family by carefully assessing patients’ information preferences and

emphasising on what can be done for them.

Participants in this survey were also asked about the emotional aspects of
delivering the diagnoses of MNDDs. More than half of professionals reported that
they experienced moderate to high levels of stress during diagnosis delivery. This
finding is supported by a review of studies that used self-report and
psychophysiological measures and showed that during the communication of bad
news, doctors experienced moderate levels of stress, with stress reactions lasting
for hours or even days after the diagnosis (Struder et al.,, 2017). The experience of
stress could potentially be linked to participants reporting ‘perceived lack of time’
and ‘fear of causing distress’ as the barriers they often experienced while breaking
bad news and qualitative comments indicating that diagnosis delivery could
sometimes be emotionally ‘draining’. Despite the emotional toll of breaking bad
news, dealing with patients’ emotional reactions did not seem to present a
particular challenge for the participants of this survey. However, studies of
patients with MNDDs have shown that patients are often dissatisfied with the lack
of empathy shown by doctors during diagnosis delivery (Anestis et al., 2020). The

seemingly contradictory finding here in that participants in this survey reported



strong competency in this domain could either be attributed to participation bias
(see limitations below) or different views and expectations between patients and

professionals regarding the emotional aspects of the consultation.

Finally, most participants in this study reported not following any specific
strategy or guidelines when delivering an MNDD diagnosis. Although step-wise
protocols for breaking bad news have been criticized for potentially focusing more
on the process than the people involved, their contribution to the medical practice
and their emphasis on empathy and individualised information provision is
acknowledged (Dean & Willis, 2016). Despite their usefulness, these protocols,
such as SPIKES (Baile et al., 2000), have been developed and have mostly been
used within oncology settings. In addition, when it comes to MNDDs, only EFNS
(Andersen et al., 2012) and NICE MND (2016) guidelines adequately addressed
the topic of diagnosis delivery, while, for the other conditions, guidance was
mostly limited to what kind of information to impart at diagnosis and we found no
guidelines for HD. This could partially explain why most participants did not
follow any specific strategies when breaking bad news for MNDDs. However, most
participants in the survey indicated their interest in receiving further training on

breaking bad news and responding to patients’ emotions.

Implications for research and practice

This exploratory survey highlighted several aspects of diagnosis delivery
for MNDDs which could be improved. Limited consultation times and inability to

offer early follow-ups were often reported by participants as factors that



hampered optimal diagnostic communication. This is potentially linked to staff
shortages in neurology, services constraints and the NHS in general being under
strain but highlights the need for organisational changes which acknowledge the
importance of diagnosis delivery consultations for MNDDs. Beyond longer
consultations, there is also a need for early follow-ups so the professional can
provide all the relevant information and the reassurance that patients and their
families need at diagnosis and will also provide the opportunity for patients to
express their emotions, prepare questions and make informed decisions
regarding their care (Seeber et al.,, 2019). When faced with limited consultation
times at diagnosis, professionals should make sure that they provide tailored
information to each patient, written information about their condition, discuss
their plan of care, reliable sources of information and support and ensure an early
follow-up, usually with a specialist nurse. Data from our survey also showed that,
despite recommendations, patients were not routinely advised to bring someone
to the consultation. It would be worth exploring whether this varies among
conditions and what factors influence this policy. However, we suggest that for the
diagnosis of all MNDDs, patients are always given the option to be accompanied
by someone. Moreover, it is recommended that, when it would not cause serious
diagnostic delay, doctors should avoid delivering the diagnosis before national
holidays or important events for the patient, building on the good practice

reported by the majority in this survey.

Regarding professionals’ manner of delivering these diagnoses, our
findings suggest that participants were reluctant to provide a sense of hope to

patients with MND or HD. Despite the severe life-limiting and threatening nature



of these conditions, professionals should still try to explore and enhance patients’
own concepts of hope and share information which could be deemed as positive
(Clayton et al, 2008), such as providing reassurance for effective symptom
management and long-term support by a multi-disciplinary team. This is a topic
where more research and development of training would be particularly useful in
order to explore professionals’ working in neurology concepts of hope and how
these affect their practice of breaking bad news. Professionals in this survey
reported moderate levels of stress when communicating an MNDD diagnosis, they
acknowledged the difficulty of the task and briefly discussed the emotional aspect
of being the bearer of such bad news. Further qualitative research on
professionals’ lived experience of communicating these diagnoses would help
develop a deeper understanding on their perspectives and how they cope with
giving these diagnoses on an emotional level. Exploring the opportunity for
psychological input and the involvement of a multidisciplinary team in the process
of breaking bad news would also be beneficial. This knowledge would be useful
for developments in the design of medical education in neurology, adequately
supporting professionals with this challenging task and eventually improving the
patient experience. In addition, although diagnosis delivery is a critical milestone
in patients’ care, future research could also address other forms of breaking bad

news in MNDDs such as the initiation of discussions around advanced directives.

Finally, most participants in this study indicated an interest in receiving
further training in breaking bad news and reported low familiarity with published
protocols of best practice. Professionals are encouraged to familiarise themselves

with such protocols and best practice guidelines for breaking bad news which



could be incorporated as a part of their training. Even though the SPIKES protocol
(Baile et al., 2000) was initially developed for use within oncology, some data
indicate its relevance for use within neurology. In particular, MND patients were
more likely to judge neurologists’ skills as ‘above average’ when they delivered the
news in a way that resembled the steps described in SPIKES (Aoun et al., 2016a).
Nevertheless, further research incorporating both professionals’ and patients’ and
families’ needs and perspectives could help develop more tailored guidelines for

neurology.

Limitations

The survey’s relatively small sample size (N = 49) could be considered one
of the study’s limitations. However, the recent ABN’s Neurology Workforce Survey
(Nitkunan & Reily, 2020) identified a serious lack of UK neurologists within the
UK, with the second lowest number of neurologists per head of population in
Europe. It is estimated that 958 are practising in the UK (Royal College of
Physicians, 2018) and although 84% of them run general neurology clinics
(Nitkunan & Reily, 2020), not all of them will deliver the diagnosis for the
conditions included here. In addition, recruiting NHS healthcare staff in health
research has been increasingly difficult due to often severe staff shortages and
pressure being placed on clinicians (Sheard & Peacock, 2020). Ultimately, this is a
descriptive survey which gave the opportunity to these professionals to report on
a significant aspect of their clinical practice and, through qualitative comments,
discuss how it has been affected by the current NHS climate. Moreover, the results

of this survey could be affected by participation bias. In particular, it is likely that



most people who completed the survey were interested in the topic (Cunningham
et al., 2015), and thus potentially better at breaking bad news and acknowledging
the complexity of the task, and thus the findings may not be entirely

representative of all neurology professionals.

Conclusion

Medical professionals delivering the diagnosis of MNDDs are faced with the
challenge of communicating effectively, but also sensitively, being honest, but also
providing a sense of hope. This was the first survey in the UK to address
neurologists’ practice and experiences in communicating these diagnoses. It was
clear that for participants of this survey giving such bad news was an intrinsically
challenging and stressful task which became even harder due to long waiting
times for appointments in neurology and limited consultation times. Participants
reported often spending a sub-optimal amount of time for these diagnostic
consultations and discussed how the incurable nature of MNDDs, the uncertainty
about the rate of disease progression and the, occasionally, young disease onset
made such diagnostic consultations more challenging. Nevertheless, participants
in this study showed signs of good practice regarding the setting of the
consultation and providing appropriate and honest information at diagnosis.
Apart from time restrictions and issues related to capacity, this study highlights
other areas of improvement such as including patient’s family routinely in the
appointments and providing some sense of hope even for conditions with a poor

prognosis. Participants also reported low familiarity with breaking bad news



protocols and best practice guidelines but also indicated an interest for further

training in this domain.



Tables

Table 1. Summary of some of participants’ demographics

Participants’ role: Number of
participants

Consultant neurologist 43

Neurology specialist registrar 4

Consultant neuropsychiatrist 1

Clinical fellow 1

Gender: *one response missing

Male 32

Female 16

Age: *one response missing

31-40 13
41-50 23
51-60 11
61 or older 1

Experience in delivering the diagnosis:

Parkinson’s disease 44
Multiple sclerosis 41
Motor neurone disease 43

Huntington’s disease 33
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Abstract

Purpose: Research on breaking bad news (BBN) in healthcare has mostly focused
on the doctor-patient interaction during a single consultation. However, it has
been increasingly recognised that BBN is a wider process that also involves other
healthcare professionals. This qualitative study explored non-medical® healthcare
professionals’ involvement in BBN to newly diagnosed patients with motor
neurodegenerative conditions in the UK.

Materials and methods: 19 healthcare professionals working with people with
motor neurone disease, multiple sclerosis, Parkinson’s disease or Huntington'’s
disease took part in individual, semi-structured interviews which were analysed
using thematic analysis.

Results: Four themes were constructed: dealing with the diagnostic aftermath,
unpacking the diagnosis, breaking bad news as a balancing act and empowering
patients to regain control over their health and lives. Participants reported being
broadly involved in BBN by supporting patients with negative diagnostic
experiences, re-iterating diagnostic information and helping patients understand
the impact of their condition. The challenges of effectively breaking bad news and
how these difficult conversations could help empower patients were also
emphasised.

Conclusions: BBN was a critical and challenging aspect of healthcare
professionals’ clinical work with newly diagnosed patients with motor
neurodegenerative conditions. Besides providing information, BBN was perceived
as a way to educate patients, encourage them to make decisions and prepare for

the future.



Keywords: breaking  bad news, neurodegenerative conditions,
neurorehabilitation, motor neurone disease, multiple sclerosis, Parkinson'’s

disease, Huntington’s disease, communication



Introduction

In healthcare, bad news is defined as “any information that adversely and
negatively affects the patient’s view of the future” (Buckman, 1984, p. 1597). The
process of delivering this news is usually called ‘breaking bad news’ (BBN) and is
considered a critical aspect of patient-provider communication with long-term
impact on patients’ satisfaction with care (Fallowfield & Jenkins, 2004; Schofield
et al.,, 2003). Most of the research on this topic has focused on the consultation
when a clinician delivers the serious diagnosis; however, this depiction of BBN as
an isolated event between the patient and the clinician has been criticised
(Warnock et al, 2010). Studies on patients’ experiences have indicated that
receiving bad news is more of an ongoing process than a single event (Randall &
Wearn, 2005; Tobin & Begley, 2008). In addition, viewing the process of BBN as a
broader aspect of care (and not confined to a single episode) (Dean & Wilis, 2016)
might also better reflect both medical staff’'s (Bousquet et al., 2015) and other

healthcare professionals’ (HCPs’) clinical reality (Dewar, 2000).

It has been increasingly recognised that HCPs other than doctors are also
involved in the process of BBN. Most of the research on non-medical HCPs
involvement in BBN has been conducted within oncology (Fontes et al., 2017;
Newman, 2016) and has focussed on nurses. Besides sometimes being present at
the diagnosis delivery consultations, nurses are often also responsible for
supporting patients post diagnosis (Warnock et al, 2010). This can include
providing clarifications and clearing misunderstandings, explaining the impact of

the diagnosis, sharing information on treatment options and prognosis,



encouraging decision-making, and offering emotional support (Gauthier, 2008;
Newman, 2016; Warnock et al.,, 2017). Despite the stress and the emotional toll of
BBN, nurses have reported finding that involvement in such conversations
strengthens their relationship with patients and helps them become better
professionals through self-reflection (Newman, 2016; Warnock et al., 2010). BBN
has also been recognised as a common aspect of speech and language therapists’
and audiologists’ practice, mostly in the form of delivering bad news to parents of
a child. A recent qualitative study highlighted the challenges that these
professionals face both in terms of phrasing their message but also dealing with

the emotional impact of BBN (Gold & Gold, 2021).

The communication of bad news can be a critical issue for other specialities
as well, such as neurology. A review of qualitative studies on HCPs’ experiences in
delivering information about recovery in acquired neurological conditions
showed that professionals were mostly challenged by the uncertainty in
predicting recovery potential, assessing patients’ readiness to receive information
and being honest without taking away hope (Burton et al., 2021). Professionals
were concerned that BBN could undermine patients’ hope, which was considered
vital for neurorehabilitation, helping patients remain motivated and engaged in
therapy. However, findings from a qualitative study that explored the meaning of
hope in neurological physiotherapy practice suggested that there are different
types of hope beyond the hope for physical recovery and that hope is a dynamic
concept embedded in interaction and cultivated through communication (Soundy
et al, 2010). In another qualitative study, neurological occupational therapists

reported being routinely involved in difficult bad news conversations without



having received adequate formal training on how to break bad news effectively
(Sexton, 2013). Participants in that study reported being usually involved in such
conversations when discussing plans for discharge and the end of active
treatment, however the authors suggested that future research should address
therapists’ experiences in BBN for specific conditions, such as progressive

neurodegenerative conditions.

Progressive motor neurodegenerative conditions (MNDDs), such as motor
neurone disease (MND), Huntington’s disease (HD), multiple sclerosis (MS) and
Parkinson’s disease (PD), are at present considered as incurable and can result in
a gradual physical and often cognitive decline (Batista & Pereira, 2013). Besides
their similarity in terms of their neurodegenerative nature and impact on motor
and cognitive functions, there are major differences among these MNDDs, for
example in terms of their prognosis and how they are diagnosed. Among these
conditions, MND is the most directly life-threatening and has the shortest life
expectancy with 50% of patients dying within 30 months from symptom onset
(Talbot, 2009). On the other hand, HD is different from other MNDDs in that it is
inherited and can be confirmed through genetic testing years before disease onset,
which is often characterised by the manifestation of motor symptoms around the
age of 40 (Nopoulos, 2016). Therefore, BBN for these conditions can be a
challenging task for professionals (Storstein, 2011) especially since patients with
MNDDs have often experienced a long and stressful pre-diagnostic journey (Aires
etal., 2019; Breen et al,, 2013; Kelly et al,, 2011; Mitchell et al,, 2010). In addition,
due to the growing recognition of the potential positive outcomes of introducing

palliative care in the early stages of these conditions (especially MND),



professionals are often required to have early conversations around disease
progression and advance care planning (Dallara & Tolchin, 2014; Oliver et al,,
2016). A scoping review of patients’ and doctors’ perspectives on diagnosis
delivery for these conditions showed that although most best practice standards
in BBN were reported as being met by doctors, patients were often dissatisfied
with the manner the diagnosis was delivered, the time invested, and the
information provided at that point (Anestis et al, 2020). However, there are
currently no studies that focus on the involvement of non-medical HCPs in BBN

specifically for these progressive conditions.

Due to the complex and progressive nature of MNDDs, patients have
constantly to adapt to their declining physical, cognitive and psychological
functioning and deal with a series of ‘losses’, depending on the condition, such as
the loss of speech (Ball et al., 2004), the inability to drive (Jacobs et al., 2017) or
walk and the loss of independence (Bjornestad et al., 2016; Edmonds et al., 2007).
Guidelines acknowledge the need for healthcare support across the trajectory of
the condition and recommend that MNDDs are managed by multidisciplinary
teams (MDTSs) which can include medical professionals, clinical nurse specialists,
physiotherapists, occupational therapists, speech and language therapists,
nutritionists and psychologists (Andersen et al., 2012; Bachoud-Lévi et al,, 2019;
NICE, 2014; Onarheim et al, 2014). Beyond pharmacological treatment and
symptom-management, MDT approaches are patient-centred; they aim to
minimise the disease's impact in all aspects of patients' lives and increase their
participation in activities while also actively involving and addressing carers'

needs (Hoden et al, 2017; van der Marck, 2009). Despite having varying



methodological rigour, studies have reported evidence that MDT approaches to
the management of different MNDDs can have a positive impact on patient
outcomes, such as quality of life, physical and psychological symptoms, reduced
hospital admissions, reduced activity limitation and even increased survival for
the case of MND (Kham et al., 2007; Ng etal.,, 2009; Thompson et al., 2013; van der

Marck, 2013).

Given the considerable MDT involvement in MNDDs, many HCPs other than
doctors are involved in BBN conversations with patients. In this study, viewing
BBN as a wider episode of care, we use a qualitative research approach to explore
healthcare professionals’ involvement in BBN to newly diagnosed patients with

MNDDs.

Methods

Study design and ethical approval

A qualitative design using individual, semi-structured interviews was
adopted in order to answer the research question; what is non-medical HPCs’
involvement in BBN to newly diagnosed patients with MNDDs? The interview
guide (see appendix 4) was designed based on previous research on BBN
(Fallowfield & Jenkins, 2004; Warnock et al., 2010) and followed an exploratory
approach to establish healthcare professionals' range of involvement in this task.
A PD specialist nurse provided feedback on the interview schedule's relevancy and

the overall study design before study initiation. The study received ethical



approval by the authors' host institution's research ethics committee
(FHMREC18) and research governance approval by the Health Research Authority

(Project ID 266719), a unified system for health research governance in the UK.

Participants and recruitment

UK based, non-medical HCPs working clinically with newly diagnosed
patients with at least one of the MNDD diagnoses were eligible for participation.
We maintained an open approach regarding the range of HCPs we would include
in the study (specialist nurses, allied health professionals, psychologists), and we
were also guided by the first interviews with specialist nurses who reported on
the different HCPs patients consulted soon after being diagnosed. Participants
were recruited through collaborations with NHS Trusts, snowball sampling and
advertisement of the study in social media. A participant information sheet and an
online consent form to be completed prior to participation were sent to potential
participants before an interview was arranged. In total, 19 HCPs were recruited in
this study. Participants’ characteristics can be found in Table 1. The sample size
for this study was mostly based on pragmatic considerations (Braun & Clarke,
2021). We aimed to recruit participants who represented most of the different
MDT members involved in the care of newly diagnosed patients with MNDDs and
we also made sure to recruit specialists who worked with individuals with all four

conditions. At 19 interviews, we felt that these goals had been met.



Data collection and analysis

Data were collected through individual, face to face (n = 3) and phone or video
call (n = 16) interviews whose length ranged from 35 to 70 minutes (M = 46
minutes). Interviews were audio-recorded and transcribed verbatim. The
research was conducted within a critical realist paradigm (Bhaskar, 2013), taking
a realist, phenomenological perspective - i.e., where a close relationship is
assumed between how people think and behave, and the language they use to
describe this. Data were analysed both inductively and deductively using thematic
analysis and specifically the steps described by Braun and Clarke (Braun & Clarke,
2006, 2019). An inductive approach was mostly followed in terms of exploring
professionals’ range of involvement in BBN, whereas deductive analysis was more
prominent in specific aspects of participants’ practice, e.g., information giving,
which have been identified as critical by previous studies on patient and doctor
perspectives (Anestis et al.,, 2020). Familiarisation with the data was achieved
through listening and transcribing the interviews and re-reading the transcripts
before proceeding to the coding phase. The entire data set was coded semantically
(focusing on the explicit rather than the latent meaning of the data) before codes
were collated into potential themes. Themes were generated by going back and
forth from data to codes and considering different potential themes in relation to
the research question and the clinical reality described in the participants’
accounts. The four final themes were reviewed and defined by the entire research
team before naming them and proceeding to writing up. Throughout the process
of designing and conducting the study, Yardley’s (2008) criteria of validity in

qualitative research were used to ensure quality. Due to this study's exploratory



nature, special attention was given to reflexivity, reflecting on how the
researchers' perspectives and motivations could influence the interviews and the
subsequent analysis and interpretation of data. Although every attempt was made
to avoid directing participants and be grounded in the data, we acknowledged how
our subjectivity and prior knowledge of the relevant scientific literature might

have influenced coding and theme development.

Results

Four themes were constructed from the data: 1) Dealing with the diagnostic
aftermath, 2) Unpacking the diagnosis, 3) Breaking bad news as a balancing act,

and 4) Empowering patients to regain control over their health and lives.

1) Dealing with the diagnostic aftermath

This theme illustrates the challenges healthcare professionals faced
concerning patients' experiences of the diagnostic pathway up to their contact

point and how their diagnosis was communicated.

Participants reported usually seeing patients with MNDDs one week to
several months post-diagnosis, depending on the severity of their condition, the
symptoms they were presenting and the referring medical consultant. Some
professionals indicated that they were frequently the first HCP patients saw post-
diagnosis and they often found themselves bearing the brunt of the patients’

annoyance and irritation after the long pre-diagnostic journey and negative



diagnostic experiences. Participants described how they often had to manage
patients who wanted to “let off steam” (Participant 6) and were “angry” (P1, P5,
P13), “frustrated” (P13), “mistrustful” (P5) and “dissatisfied” (P6, P19) due to
diagnostic delays and misdiagnoses or feeling that their symptoms had not been

taken seriously for a long time.

“I had one young woman who's been saying for years there's been something
radically wrong and she was then transferred to, erm, psychology, for health anxiety
[.-.] and then there was a significant incident and she was rushed into hospital and
it turned out that she had MS and that she was right, there was something far wrong.

And, so therefore, she was very mistrustful then.” (P5)

Besides diagnostic delay, participants also explained that patients were
angry and frustrated or even scared and withdrawn because of how they had
received their diagnosis. In particular, professionals mentioned cases when
patients had received their diagnosis over the phone or via a letter but mostly
reported doctors’ “blunt” (P14, P18) approach and inadequate information

provision at diagnosis as the two most common patient complaints.

“One particular bad sort of... was a patient that felt as though, erm, the consultant
(in private practice) gave her diagnosis and she said, ‘all I remember them saying

is’, ‘well, how are you going to pay?’.” (P7)

HCPs, in these cases, felt they had to deal with the “aftermath” (P5, P7) of a

sub-optimal diagnostic experience. They highlighted the importance of allowing



patients express their anger and dissatisfaction, empathise with them, and de-
escalate the situation, hold a ‘neutral ground’, and reassure them that they were
going to support patients for the entire illness journey in order to gain back
patients’ trust. A few specialist nurses also mentioned that specific doctors,
usually general neurologists working in the NHS or privately, often did not refer
newly diagnosed patients. As a result, patients were left to cope independently for
several months, and nurses had to deal with that ‘mess’ or even misinformation

that patients had received at diagnosis.

“Some of our patients see a neurologist privately because perhaps it’s taken them a
longer time to get to their actual appointment, this is just an example. It may be that
particular person hasn't had the knowledge of who to refer them onto afterwards.
So, it could be that I get to then go and see that patient six months down the line
opposed to six weeks, and by that point they've lost faith in the system a bit, they've
not known who to contact, they may have been on their medication and not known
whether it was working or not. So, you have to kind of then, erm, you do have a bit

more of a mess, if you like, rather than it being straight forward.” (P7)

However, most participants emphasised that, in general, neurologists were
competent in communicating the diagnosis, but did not always have the time
needed to provide enough information and some patients might have just been
angry towards the bad news, not necessarily the way it was broken. When patients
had a positive diagnostic experience, this made HCPs’ first appointment with

patients easier. A positive experience was exemplified when patients had received



the information they needed at diagnosis, were prepared to ask questions and

were generally adjusting better to their condition.

“I think anecdotally, the better the delivery of diagnosis, the better the support at the
beginning, the better- the more involved the patient is, the better the prognosis and

how they're managing, how they cope.” (P6)

2) Unpacking the diagnosis

This theme describes how HCPs helped newly diagnosed patients understand
their diagnosis through often difficult conversations. These conversations were
often distressing for both HCPs and patients but were acknowledged as a vital to
the participants’ role. The nature of information communicated during these
conversations was often different depending on the professional’s expertise.
However, it was generally related to the incurable nature of MNDDs, the impact of

the condition on patients’ daily lives and issues related to prognosis.

Participants reported that when they first saw patients, not all of them had
fully understood their diagnosis. Despite short diagnostic consultations, which
hampered adequate information provision, they believed patients’ state of shock
when receiving the diagnosis did not allow for information to be absorbed, and
some patients were reluctant to look for further information post-diagnosis. In
contrast, HCPs felt “lucky” (P3) and “privileged” (P11) to be able to dedicate
enough time for their appointment and even offer double-slot appointments to

meet the needs of newly diagnosed patients.



“We 're fortunate that we have a lot more time with patients, than certainly the
consultants do. Our appointments can be 45, routinely they are 45 minutes, but |
have been with some patients an hour and a half, 2 hours, because they had that
many questions and they just wanted to know and wanted to share information.”

(P3)

Patients’ limited understanding of their diagnosis as described above, and
sometimes due to cognitive changes as a result of the condition, meant HCPs often
had to re-iterate what was said to them at diagnosis, explain the nature of their
condition and clarify what could be done for them in terms of medication. An MS
specialist nurse (P5) reported that she had even seen newly diagnosed patients
who did not know what type of MS they had, and she sometimes had to break the
bad news to people with progressive MS regarding their ineligibility for disease-
modifying treatments?. In general, HCPs were often responsible for managing
patients’ expectations regarding medication or therapy’s scope and explaining the
incurable and progressive nature of MNDDs. These conversations were often

believed to be “the hardest thing to say” (P4) and ‘the final blow” (P5) for patients.

“Sometimes patients go from one doctor to another, one neurologist to another, they,
they travel far away for this magic pill... that doesn't exist and I 've also been in that
position, where I 've been the one who said, there isn't a magic pill and, you know, I
think, it's important that we are transparent with patients and not give them false

hope.” (P6)



Besides reiterating information given at diagnosis, HCPs’ primary role in
the first appointments with patients was to help them understand the implications
of their diagnosis and its impact on different aspects of their lives. One participant
used a metaphor to illustrate this by comparing the diagnosis to a seed that was
given to the patient, and the HCPs’ role was to “unpack the news” and assist
patients to explore what would grow out of that “seed” (P9). Sharing information
about the impact of an MNDD diagnosis and responding to patients’ questions and
concerns often inevitably led to BBN conversations. These conversations’ content
was often different depending on the participants’ role and patients’
circumstances and the questions patients asked. Patients often wanted
information about their prognosis and the impact of their diagnosis on their family
life and work. Discussing how the diagnosis might disrupt patients’ life plans and

decisions was particularly difficult for participants.

“You know, there is a lot of discussion around prognosis, around ‘How long will I be
able to do this? And what happens if I'm no longer to do that?’ [...] ‘Will I be able to
stay in work?’, ‘Will I be able to see my family grow up? I have quite young children;

will I be able to see them grown up?” (P11)

“I saw them for a first consultation and his speech was already quite dysarthric and
he was talking about getting a new job in a call centre and then he was gonna be
starting that the next week. And that was a difficult conversation to have, cause
obviously I can’t, I couldn’t say, ‘well, you can’t possibly do that’ ... but also to give

some advice around ‘oh that might be tricky, would they have any more sort of admin



type work rather than on the phone? People are going to struggle to understand you.’

That you, know, that's difficult.” (P3)

Participants whose professional focus was patients’ movement and
physical function were often involved in difficult conversations when they had to
clarify patients’ misconceptions or validate their concerns, often related to the loss
of independence. Because of the progressive nature of MNDDs, physiotherapists,
for example, had to explain that, most of the time, therapy would not improve their
movement, but it would help them maintain as much mobility as possible, prevent
falls and aid everyday mobility problems. HCPs would also perform assessments
and share information about disease progression and the potential future need for
home adjustments and the use of equipment such as a hoist or a wheelchair. This
information was not always welcomed by patients and could trigger more detailed

difficult conversations about future losses.

[Participant quoting how they would introduce the possibility of home

“r

adjustments to newly diagnosed patients.]“Well, I know you don't need it right
now, but and that's absolutely fine, but thinking ahead, you know, that could be a
challenge.” And it depends on how and where the person is in terms of their sort of
acceptance and adjustments because they might say ‘I don't want to go there; I don't
even want that conversation’. And you're like, ‘Okay, that's fine.” And there are other

people who might say, ‘Well, do you think, I'm going to get worse?’ or ‘Do you think

that's going to happen?.” (P11)



Similarly, when seeing newly diagnosed patients with MND, speech and
language therapists discussed the difficulty of introducing patients to sensitive but
critical topics such as the potential loss of speech and the changes and dangers
around swallowing. Participants mentioned that there was no easy way to deliver
this information and even discussing ways to manage these, such as augmentative
and alternative communication aids and Percutaneous Endoscopic Gastrostomy
[a surgical insertion of a feeding tube into the stomach through the abdominal
wall], could be very emotional for patients.

“We have to break the bad news, of... ‘yes, actually, eating and drinking can kill you’

and ‘yes, you will most likely lose your ability to communicate verbally as well’.” (P3)

Another sensitive topic that participants usually discussed with newly
diagnosed patients was driving and the need to inform the UK Driver and Vehicle
Licensing Agency about their diagnosis. Even when patients were still fit to drive,
HCPs believed it was their professional obligation to discuss this even though it

could often trigger patients’ fears about future loss of independence.

“Talking about driving can be very difficult, it’s a sensitive issue for many
patients, but I think, you know, it fits into the same sort of category as offering pieces
of equipment to the patient for the first time, you know, it’s a very emotive subject
for many patients, you know, it's a real symbol of, you know, things are moving on.”

(P10)



Psychologists referred to the difficult discussions they often had with
newly diagnosed patients about the cognitive changes associated with MNDDs.
Patients were often referred to their service for a cognitive screening, so part of
their role was to explain the rationale behind neuropsychological assessments -
which sometimes included a mental capacity assessment - and then share the
results. Professionals acknowledged the stress surrounding these discussions,
especially with patients who had just received their diagnosis, who were
experiencing physical symptoms and were now discovering cognitive symptoms

as well.

“Sharing the cognitive results after the neuropsychological assessments, sometimes
these conversations can be difficult, for example some people with MND they have
also got cognitive impairment, and this can be a difficult conversation for people to
have. You know, they worry that this means they are going to develop dementia and
you can't necessarily reassure them that it won't, we can't guarantee that the

cognitive side won't get worse.” (P11)

Some participants also mentioned that it had become increasingly common
to have end of life and advance care planning conversations early on, especially
with MND patients and other newly diagnosed patients whose condition had
significantly progressed. Such discussions could include do-not-resuscitate
orders, gastrostomy, non-invasive ventilation and palliative care referral.
Participants acknowledged the importance and benefits of having these

discussions but also detailed the difficulty of initiating them. Some participants



felt this would always be a challenging task for them, while others believed

experience had increased their confidence in initiating these conversations.

“I'm having conversations about advance care planning, end of life, decisions and
alternatives... I'm triggering the conversation and I am doing it early. That's
relatively new, I think, in health, because one thing you didn't do, is talk about, you
know, death and dying and so on, but certainly over the last couple of years and it is,
it is difficult when you first start talking about it and raising it, but once you 've done

it several times you get a feel for it.” (P1)

Nevertheless, all participants agreed that BBN was emotionally difficult, an
unavoidable but significant part of their role. During and after BBN, HCPs reported
sometimes feeling “drained” (P5, P19), “exhausted” (P5), “sad” (P1, P7, P8) and
“anxious” (P8) and had sympathy for the patients, especially knowing how these
conditions would progress and that they would have to give more bad news as the

condition deteriorated.

3) Breaking bad news as a balancing act

This theme details the shared experience among all participants regarding the
challenges of sensitively and effectively BBN. Providing critical information to
newly diagnosed patients was described by HCPs as a balancing act that required
good communication skills, experience and empathy. In particular, when BBN,

participants reported having to find a balance in terms of their approach and



language they used and the amount of information they shared and during the

process by effectively assessing patients’ information needs.

Being pragmatic and accurate when explaining the progressive and
incurable nature of MNDDs, the uncertainties around progression rate and the
potential impact was perceived as professional duty and responsibility that helped
patients ‘know where they stand’ and “make plans for their life” (P1). In their
experience, conversations around bad news had to be carefully worded to reflect

the unpredictable nature of MNDDs.

“They’re hanging on your every word really, ‘cause they see you as the expert so you
have to be careful exactly what you're saying and try not to say things too... you
know, in too much of a concrete way, black and white way, when the issue is a bit

more grey than that.” (P9)

Giving honest and straightforward information about such critical topics
was believed to be appreciated by patients and helped HCPs build a long-term
relationship with them based on trust. However, participants also acknowledged
the distressing nature of the information they often provided and underlined the
need to adopt a sensitive approach, mostly because patients "will never forget the

way they were told the news” (P19).

“Actually, it's nice if you can do it in a way that you'd want to be told or you'd want
to be cared for, if it was for your family members. I think it's all you can do, human

nature, really. I don't think there's ever a one-stop-shop for that.” (P17)



Moreover, participants often discussed the need to balance BBN by also
providing some positive information to instil hope. They described the challenge
of achieving a “fine line” of being pragmatic and motivating at the same time so

that people could focus on the present but also plan for the future:

1 try to encourage them to have a realistic mindset and practically plan for the
future, but at the same you don't want to absolutely destroy somebody's hope as well.
So, again, I think that's quite a fine line of, you know, being practical and planning
ahead, but at the same time keeping somebody's motivation up to keep doing, you
know, not just give up basically, ‘cause you want them to focus on the here and now

and what I can do right now but then also with an eye ahead to the future’. (P16)

Hope in this context was not associated with curative treatments, but it was
conceptualised by HCPs as focussing on what realistic goals patients could achieve
and what could be done to improve their quality of life. This information could
include what support was available from the services, how symptoms could be
managed, how the disease progression rate could be different for different people,
the positive effects of lifestyle changes and information about ongoing research.
Participants reported trying to “give a balanced view of the future which is truthful
but hopeful” (P9). However, this was not always an easy task, especially when
patients presented with rapid progression or severe symptoms. In these cases,
participants discussed the challenge of getting the balance right in terms of

providing hope, but not “unrealistic” (P1, P11) or “false” (P6, P16) hope.



“I think being able to give people hope is really, really important in rehabilitation.
And sometimes it is hard to be hopeful when people are seeing all manners of aspects
of their life changing It's how you balance that hope giving within the context of not

being unrealistic either.” (P11)

Deciding the nature and the amount of information they provided when
BBN was another challenge that professionals faced in these initial appointments.
This could depend on how each patient’s condition had progressed and the
symptoms they were experiencing, but participants were mostly challenged by
how much patients’ communication preferences could vary. HCPs agreed that it
was essential to adopt a flexible approach and establish patients’ communication

preferences and information needs before BBN.

“Rather than bombard someone, it's really important to kind of judge what kind of

information they need from you.” (P14)

“Yeah, you have to be really flexible around, erm, what information you give and also

what information you don't give.” (P4)

Assessing newly diagnosed patients’ preferences and needs was deemed a
difficult task for several reasons. HCPs reported that knowing the person, their
personality and having a relationship with them helped with this process.
However, this was not the case with newly diagnosed patients. In these first
appointments, participants detailed the importance of establishing patients’

understanding of their condition and their needs in terms of topics they wanted to



discuss. For example, clinical neuropsychologists asked patients why they thought
they were referred to them and explored their understanding of the impact of
MNDDs on their cognition before they shared information about
neuropsychological assessments. In addition, participants reported tailoring their
practice concerning patients’ emotional state and body language and mostly being
guided by patients’ questions. At the same time, they understood that patients who
seemed calm or asked questions about prognosis might have not necessarily been
ready to receive bad news. Before giving such information, HCPs would usually

“double-check” (P3) if patients wanted this information.

Mis-assessing patients’ information needs could have an impact on
building a relationship with them. Some HCPs in this study admitted that they had
at one point ‘got it wrong’ (P3) by sharing more information that the patient was
able to process at that time and highlighted the importance of giving the bad news

at the right time.

“I went away from this meeting thinking, “I've done the wrong thing really”, because
it really stifled my relationship with her at the early stages, kind of went away
thinking, 'Was that necessary?’, it was true but was it necessary, at this point to break

bad news to her or could I just left it a bit longer.” (P14)

At the same time, other professionals believed it was their duty to share
information that could prevent future crises, even though the patient might not
have been ready or keen on discussing these topics. For example, occupational

therapists felt they sometimes had to share information on mobility equipment



and house adaptations early on, despite patients’ often negative reactions. Sharing
such information could prevent patients from making uninformed decisions in the
future, such as buying expensive equipment that would be ineffective for their

condition.

“I get people to think quite far ahead when they are quite well, or they don't have
that level of ability issues and I think that's quite hard for them to think about it at
that time. [...] What I want them to, or what I don't want to happen is for them to get
to that point and for them to say 'Well, no one told me that would happen, or no one
told me this wouldn't work'". So, I think we need to be honest with them, make sure

they are informed, and they can make the right choice for them.” (P12)

Moreover, although participants acknowledged the benefits of involving
the patient’s family in these appointments, they also detailed the challenges that
they could bring to the process of BBN. For example, an HD specialist nurse
reported how a patient’s mother was clearly against the patient knowing that they
had started presenting movements that were signalling the disease onset. On the
contrary, family members sometimes could “fire” questions, which could trigger
the delivery of information that patients might not have been ready or wanted to
receive at that point. In these cases, HCPs had to balance the conversation by
clarifying what information the patient wanted and sometimes also supported the

relatives by having a separate discussion with them.

“Their partner might be wanting lots of information about how to practically

manage, 'how am I gonna care for the person further down the line?’, whereas the



patient themselves might be like, ‘I don't want to think about that, [ don't even want
to know, I don't wanna discuss that’ and then you can get these two levels of

conversations happening, which can be quite difficult to manage.” (P12)

Participants agreed that there was no easy way to give bad news. Although
some followed relevant guidelines, they avoided following “rigid pathways” (P10)
because of the differences in patients’ communication preferences and the
complexity of MNDDs, and the different disease progression rates. Every newly
diagnosed patient appointment required a unique balancing act for the bad news
to be delivered effectively for that specific person. Despite this challenge, HCPs
believed that achieving this balance could help participants feel supported, accept

their diagnosis and move on knowing a plan they could work on together.

“This is gonna sound really strange, I actually feel that... If it's done probably, it can
help the patient and I like to think that I 've got enough experience and I 've got
enough understanding and empathy that I do it well and there is no easy way to give
bad news |[...] but I 'd like to think that if done well it can help the patient accept the

diagnosis and the journey, but it's hard isn't it?" (P4)

4) Empowering patients to regain control over their health and lives

This theme describes how conversations around bad news were often
interwoven or followed by HCPs providing support and empowering newly
diagnosed patients to regain a sense of control over their health and lives.

Alongside providing important information, professionals performed holistic



baseline assessments, identified areas they could provide support, encouraged
patients to make decisions and plans for the future, and provided links to other

HCPs and support sources.

As previously mentioned in themes two and three, participants believed that
BBN in these initial appointments helped patients make sense of their diagnosis
and its impact and develop an understanding of what to expect in the future.
Although often distressing for patients, HCPs’ rationale behind having some of
these difficult conversations was to instil a sense of control. Providing information
on communication aids, for example, was viewed positively by participants as a
tool to manage the loss of speech for MND patients. Similarly, sharing information
on home adjustments and the use of mobility equipment aimed to prepare
patients for potential future loss of or difficulty in movements and to reassure
them that their independence would be maintained as much as possible. Early
discussions about advance directives were also difficult for patients. However,
participants believed they gave patients a sense of control through
communicating their preferences and making decisions about their end-of-life

care.

“It’s hard to do (end of life conversations) and it’s hard for some patients, but they
do not regret doing it and they gain from it. It gives them a sense of control in a

condition that is out of their control.” (P15)

BBN also helped HCPs educate patients and involve them in decision-

making effectively. After explaining the nature and impact of MNDDs and the



scope for treatment, participants often had extensive conversations with patients
regarding treatment options and their side-effects, and ways they could manage
their condition. Following a patient-centred approach, the goal of these
conversations was to involve patients actively in the consultations, enabling them
to make informed decisions about how they wanted to manage their condition and

plan their lives.

“It's obviously supporting people to make the decisions that they feel are in
their best interests at the time. There are a lot of people who choose a riskier option
because they feel they get more quality of life, more enjoyment from eating and
drinking than they would from having it via a tube...so they, they would prefer to take

the risk of shortening their life for, for a little bit more quality of that life.” (P3)

HCPs in these initial appointments, especially specialist nurses, also
reported performing holistic assessments, which included questions about the
patients’ family, work, hobbies and life in general. Participants emphasised the
importance of giving the patient time to talk about their lives and actively listen to
their stories, concerns and matters to them. This way, participants could identify
areas of the patients’ lives to provide support and even act as the patient’s
advocate. For example, HCPs highlighted the importance of helping patients
continue working for as long as possible, getting in touch with occupational health
departments and putting in workplace arrangements, or providing practical

information about benefits.



“There's also, I mean, there's practical stuff like liaising with... work is a huge
thing, people start to need reasonable adjustments in their workplaces so I'm helping
them in the benefits, helping them stay at work and liaising with the occupational
health department, advocating for them on their behalf, just doing pragmatic [...]

supporting them to continue driving...” (P9)

After completing holistic assessments with newly diagnosed patients,
professionals were also able to signpost them to other HCPs and support sources
such as local groups and disease associations, depending on their specific needs.
Participants wanted patients to be well-informed about all the support available
to them and enable them to decide how much support to receive and what

referrals they wanted to be made for them.

“If a new client comes through this door, what we do is we go through a very robust
assessment for them, including all of the symptoms, all of the difficulties, it's not a
10-minute or 15-minute hospital appointment, it is very much a holistic looking at
their life as it is now and things that we can do to help, we put in place, so for instance,
they might leave with a whole pile of appointments that are gonna take place within

the next six months.” (P5)

Also, the importance of self-management in appointments with newly
diagnosed patients was highlighted. HCPs reassured patient services would
support them throughout their journey’, but they also stressed the need for

patients to manage their condition. Participants encouraged patients to adhere to



medication regimes, lead a healthy lifestyle through physical activity, eat healthily,

look after their mental health and seek support and advice when needed.

‘I feel [what] we [have] also got to do is give people, empower people to self-manage.
[...] I say that with good management that comes from both the healthcare
professional and the patient who needs to take some responsibility, we can, we can
preserve a good quality of life. They have to take some responsibility in terms of
adhering to the medication regimens and engage in some form of physical activity.”

(P6)

Finally, HCPs emphasised that a significant part of their supporting work
included motivating and encouraging patients to maintain a positive outlook.
Participants discussed that despite the challenging and emotionally-loaded bad
news conversations, their initial appointments with patients were not just “doom
and gloom” (P3). Working with newly diagnosed patients often included helping
them accept their diagnosis and focus on maintaining or improving their quality
of life. For example, psychologists reported using several models used in
rehabilitation to help patients cope with their diagnosis and promote psychosocial
adaptation to the condition. HCPs, in general, encouraged patients to keep setting
and achieving meaningful goals, engage in activities they enjoyed and not let their

diagnosis “take over their life” (P14).

“So, I guess it's about reframing it, isn't it? So, inevitably, it's sad, but people will die,
but it's about making sure they were able to go on that last family holiday, it was

about making sure they were able to go on that - to go to that wedding, or whatever



and what do we need to put in place to allow that to happen? So, it's about

supporting people to make, you know, plans.” (P11)

Discussion

To our knowledge, this is the first study to address non-medical HCPs’
perspectives on BBN and supporting newly diagnosed patients with MNDDs.
Although HCPs’ involvement in BBN in neurorehabilitation has been addressed by
other studies, these focused on acute neurological conditions such as stroke and
traumatic brain or spine injury and specifically on BBN in relation to rehabilitation
potential and recovery (Cheng et al., 2020; Grainger et al., 2005; Peel et al,, 2020,
Phillips et al., 2013). The analysis constructed four themes. HCPs working in the
care of patients with MNDDs were broadly involved and had a significant role in
the process of BBN: from managing patients who had a negative diagnostic
experience, to re-iterating diagnostic information, discussing the impact of the
condition and further supporting patients to adjust to their diagnosis and regain a
sense of control. BBN was not perceived as a straightforward task but as a dynamic
process that required empathy, strong communication skills and a unique
balancing act, tailored to the specific diagnosis, patient information needs and
communication preferences. By having these difficult conversations early HCPs
aimed to help patients regain a sense of control, make decisions regarding their
treatment, plan and prepare for the future but also maintain a sense of hope. We
believe that the results of this study will help increase awareness of non-medical

HCPs’ involvement in BBN for MNDDs, how these difficult conversations can



benefit patients and how to support professionals to approach effectively this

challenging aspect of their practice.

Listening to patients’ stories on diagnosis communication

Previous qualitative studies on patients’ experiences have shown how
receiving an MNDD diagnosis was viewed by patients as the drop of a “bombshell”
(Mistry & Simpson, 2013; Phillips, 2006). Interestingly, using another war-related
metaphor, HCPs in this study discussed their experiences of dealing with the
“aftermath” of the diagnosis, especially when patients had negative diagnostic
experiences. Participants explained how, having moved from the initial shock of
the diagnosis (Aoun et al.,, 2018a), patients needed to express their emotions of
fear about the future and often anger and dissatisfaction regarding how their
diagnosis was communicated. Similarly, in a qualitative study about the challenges
of BBN, HCPs working in a variety of settings (including neurology but with no
specific mention of MNDD care) discussed how they sometimes had to ‘pick up the
pieces’” when information-giving had been mishandled by other professionals
(Warnock et al.,, 2017). According to participants in the current study, diagnostic
delays, inadequate information provision and doctors’ approach to diagnosis
delivery were the primary sources of dissatisfaction, which have also been
documented in other studies with patients with MNDDs (Anestis et al., 2020).
HCPs highlighted the importance of showing a genuine interest and listening to
patients’ stories about their diagnostic experiences and allowing them to express
their emotions. This helped them empathise with patients, build the base of a

relationship with them and regain their trust, factors which have been found to



facilitate bad news conversations between HCPs and patients (Mishelmovich et al,,
2016). Moreover, in the context of chronic conditions, illness narratives can be
valuable in assessing patients’ psychological adaptation, hope and mental well-
being (Soundy, 2018) and therefore help HCPs tailor their communication and

address patients’ psycho-emotional needs.

Difficult but essential conversations: helping newly diagnosed patients with

MNDDs understand their diagnosis, gain a sense of control and prepare for the future

All HCPs in this study were involved in a range of tasks which could be
considered BBN, such as re-iterating and supplementing information that was
given at diagnosis, sharing prognostic information, discussing the impact of the
diagnosis, correcting patients’ misconceptions (often regarding the scope of
treatments) and validating their concerns. Their accounts supported the concept
of BBN as a dynamic process that involved several MDT members and covered
various topics related to the diagnosis and the professional’s expertise (Rassin et
al,, 2013; Warnock et al., 2017). Besides sharing information about the nature of
MNDDs and symptoms, participants adopted a holistic and patient-centred
approach to BBN by addressing topics which other studies have also highlighted
as necessary for patients such as the impact of the diagnosis on their daily lives,
their family, relationships and work, the availability of benefits and help with
planning for the future (Soundy et al., 2016). Unlike doctors (Bousquet et al., 2015;
Aoun et al,, 2016b) and other healthcare professionals (Warnock et al., 2017) who
have reported lack of time as a factor that affects their practice in BBN, HCPs in

this study felt ‘lucky’ to be able to invest adequate time for these initial



consultations and cover all aspects of the diagnosis that patients wanted to

discuss.

Nevertheless, effective and tailored information provision is a crucial
component of the neurological rehabilitation process (Barnes, 2003) and patient-
centred care in general (van der Eijk et al.,, 2011). Despite the often-distressing
nature of these conversations, participants argued that these were crucial to help
patients understand the current situation, what to expect in the future, and how
they could be more actively involved in their care. BBN for HCPs in this study was
also considered a part of their patient education role and a prerequisite for
supporting self-management and shared decision-making regarding treatments
and goals, which were also significant elements of the neurorehabilitation process
(Barnes, 2000) and the long-term management of chronic conditions
(Dwarswaard et al., 2016). Patients who have developed an understanding of their
condition can make informed decisions about their treatments (Hancock et al,,
2007), and well-supported patient involvement and shared decision making have
been linked to better patient-provider communication and clinical outcomes,
increased treatment compliance, and reduced healthcare costs (Stacey et al,,
2017). By having these difficult conversations early on and enabling patients to
make decisions, plan their lives and future, consider the realities of their condition
and set goals for their therapy, participants in this study tried to help patients
regain a sense of control. Perceived control has been positively associated with
well-being in patients with MNDDs (Eccles & Simpson, 2011) and being well-
informed about PD has been established as an essential factor for perceived

control in PD patients (Simpson et al., 2018). Several participants in this study also



mentioned initiating discussions about advance care planning with newly
diagnosed patients as a form of increasing patients’ sense of control. Indeed,
having advance care planning conversations around diagnosis when cognitive
function is usually preserved is critical for conditions with a relatively short life
expectancy such as MND. However, their significance has also been increasingly
recognised even for MNDDs which are not immediately life-threatening such as

PD (Kluger etal., 2019; Sokol et al., 2019).

The challenge of tailoring bad news conversations to meet individual

patients’ needs: the potential role of illness uncertainty

Integral to the participants’ accounts were also the challenges they faced in
finding the right balance for each patient regarding their approach to having
difficult conversations and establishing how much information to give. This has
also been highlighted as an important issue for both doctors and clinical nurse
specialists working in cancer, palliative care and other fields, especially the
challenge of communicating bad news honestly without taking away hope
(Bousquet etal., 2015; Warnock et al., 2017; Mishelmovich et al., 2016). Similarly,
participants in this study discussed the importance of being transparent and
honest when breaking bad news and allowing space for hope. Unlike some
neurologists who have expressed some reluctance in conveying hope when
delivering the diagnosis of MND and HD specifically in a recent UK survey (Anestis
et al, 2021), HCPs in this study stressed the need to instil a sense of hope
regardless of diagnosis. Participants reported trying to promote a sense of hope

by emphasising what could be done for patients in terms of managing their



condition and having a positive outlook regardless their diagnosis. Their practice
aligns with findings from studies that have shown that even patients with life-
threatening diagnoses prefer truthful information regarding their prognosis yet
also want to be given hope (Brown et al., 2011; Spiegel et al., 2009). Besides
honesty and hope, HCPs also discussed the challenge of effectively assessing
patients’ information needs and preferences and deciding how far to go with BBN
conversations in these initial consultations. Having a relationship with the patient
helped HCPs better assess patients’ needs (Mishelmovich et al, 2016) and
preparedness for bad news. However, this was not possible for participants in this
study who were meeting patients with MNDDs for the first time. Patients’ varied
information preferences along with the unpredictability regarding the prognosis,
potential impact and rates of progression of MNDDs added to the complexity of

this task.

The variation in patients’ information preferences and participants’
reported challenges of tailoring their approach and finding the perfect balance
when BBN can be partially explained by the illness uncertainty (IU) (Mishel, 1988)
and uncertainty management theory (UMT) (Brashers, 2001). UMT is an
interpersonal communication theory which suggests that uncertainty is not
inherently negative, and people are not always striving to decrease it (Brashers,
2001). In the context of illness, uncertainty has been mostly associated with
negative psychological outcomes (Mullins et al, 2001) and is less commonly
perceived as positive (maintaining hope and optimism). During an interaction
with HCPs, patients can present different information needs and information

seeking behaviours depending on whether they want to increase or decrease their



uncertainty (Bylund et al., 2012). Based on our findings, we could argue that for
some newly diagnosed patients’ uncertainty is not always experienced negatively.
Although most patients will feel the need to decrease their uncertainty by
developing a better understanding of their condition and their prognosis, other
patients might prefer to maintain their levels of uncertainty at that point as part
of a slower process of accepting and adjusting to their diagnosis. Patients might
also want to decrease their IU in general (by obtaining information about their
condition) but maintain their uncertainty about specific aspects of their diagnosis
and its impact (e.g., driving), thus using what the IU theory defines as ‘buffering
coping strategies’ (Mishel, 1988) such as avoidance, selective ignoring or even
shutting down specific BBN discussions. Patients’ perception of uncertainty and
consequently their information needs and information seeking behaviour can
change over time (Bylund et al,, 2012); it is therefore important for HCPs to
maintain open communication channels and potentially BBN when patients are
prepared to receive it. HCPs in this study mostly respected newly diagnosed
patients’ readiness for receiving bad news on specific topics but were also faced
with moral dilemmas when the ethical values of autonomy, beneficence and non-
maleficence seemed conflicting (Brown-Saltzman et al., 2012; Jameton, 1984).
Professionals reported trying to tackle such dilemmas by mostly being led by
patients’ questions and needs (respecting autonomy) and double-checking before
sharing distressing information (non-maleficence). However, there were
instances when they felt it was their professional obligation to initiate difficult
discussions early on in order to prepare the patient and avoid future crises even
when patients were not willing to receive such information (prioritising future

beneficence over present autonomy and non-maleficence).



Training and supporting healthcare professionals

Participants agreed that giving bad news to newly diagnosed patients with
MNDDs was a demanding task in terms of communication skills and an
emotionally challenging experience. Despite the challenging nature of the task,
HCPs have reported being inadequately trained in this domain (Abbaszadeh et al.,
2014; Price et al.,, 2006; Warnock et al., 2010). Similarly, participants in this study
reported not having received specific training for BBN to patients with MNDDs but
had instead learned how to do it effectively through experience or had received
training on BBN in general as part of a previous role in palliative or cancer care.
Our sample’s overrepresentation of experienced HCPs could explain the high
standards of practice reported and we are unsure whether these would be the
same if less experienced professionals had been recruited. Indeed, a qualitative
study of HCPs’ perspectives on BBN has indicated that more senior members of
the MDT were more able to break bad news about rehabilitation potential after
traumatic brain injury or spinal injury and could manage patients’ expectations
better (Peel etal.,, 2020). Based on our findings on the broad range of involvement
of HCPs in BBN and the participants’ reported willingness to receive more training
in this domain, we believe HCPs working with patients with MNDDs would benefit
from further training. In addition, HCPs would benefit from training and BBN
guidance specifically designed to reflect their clinical reality and specific
challenges of MNDDs. The most commonly used guidelines focusing on cancer care
seem to mostly represent the traditional view of BBN as a doctor-patient

interaction related to diagnosis delivery (Baile et al., 2000) and have been



criticised for not adequately addressing the emotional and supportive aspects of
this task. (Arber & Gallagher, 2003). Building upon existing protocols of BBN and
using the principles of the interaction adaptation theory as a basis, the COMFORT
model for the communication of bad news proposes a set of core competencies
that should be achieved through communication skills training (Communication,
Orientation, Mindfulness, Family, Ongoing, Reiterative messages, and Team)
(Villagran et al.,, 2010). COMFORT adopts a more dynamic view of BBN, addresses
the family’s and MDT’s involvement and has been therefore considered to be
appropriate in neurorehabilitation training and practice (Pelaez et al.,, 2017).
Moreover, although exploring HCPs’ experiences was not the main focus of the
current study, all participants agreed that BBN was an emotionally challenging
task. HCPs would often seek informal support from their colleagues after having
difficult and emotional conversations with patients and only a few, mostly
psychologists, mentioned using formal supervision and support. It is possible that
BBN is an under-recognised aspect of HCPs clinical work, we therefore argue that
besides training, formal forms of support could help professionals deal with the

emotional demands of BBN.

Limitations and implications for further research

This study has several limitations mostly related to possible omissions in
terms of topics covered by the interviews and the broad focus of addressing four
different MNDDs. Firstly, although cultural factors can be critical in healthcare

provider-patient interactions (Ferguson & Candib, 2002), participants in this



study did not discuss their influence in BBN. Also, although we focussed on newly
diagnosed patients, BBN for these conditions is an ongoing process and
professionals have to give more bad news as the disease progresses, new
difficulties arise, and patients move through the different ‘stages’ of their
condition and potentially onto palliative care. Future studies could explore this
more dynamic view of BBN in MNDDs. Moreover, all participants in this study
worked in the UK, so findings might not be applicable in other countries with
different healthcare systems and strategies for the management of MNDDs.
Finally, although this study’s main aim was to establish HCPs range of involvement
in BBN to newly diagnosed patients with MNDDs, we acknowledge that there are
significant differences among these conditions that can impact the nature and the
timing of BBN. Future studies could focus on these conditions separately and shed
light on the specific topics, challenges and practices around BBN, e.g., in relation

to different types of MS or focussing on dementia related to MNDDs.

Conclusion

This study has been the first to explore the experiences of a range of health
professionals in BBN to individuals with MNDDs. Participants’ accounts in this
exploratory study revealed that HCPs were involved in the process of BBN in a
variety of ways and outlined the complexities and challenges they encountered
during this clinical task. As well as confirming concepts found in studies of health
care professionals working with different patient groups such as the challenges of
tailoring information giving and breaking bad news empathically and sensitively,

this study has emphasised the positive outcomes of BBN effectively. Participants



emphasised that despite the often-distressing nature of information they provided
to newly-diagnosed patients, BBN was a critical aspect of patient education which
could also help patients make informed decisions, plan for the future and regain a
sense of control. Thanks to the participants’ significant length of professional
experience, we believe that other HCPs can learn from our findings, identify
challenging aspects of BBN and strategies used to manage these. Finally, we hope
that this study will aid to the recognition of BBN as a critical task for non-medical
HCPs working with patients with MNDDs and lead to the development of

appropriate professional training and support.

Footnote 1: Although nurses are sometimes considered medical staff, for
definitional clarity we use the term ‘non-medical’ throughout the paper to

describe any healthcare professionals other than medical doctors.

Footnote 2: There are three main types of MS, relapsing-remitting MS, secondary
progressive MS and primary progressive MS. Most disease-modifying treatments
reduce the number of relapses, therefore only patients with the relapsing type of
MS are eligible for treatment. (De Angelis F, John NA, Brownlee W]J. Disease-

modifying therapies for multiple sclerosis. BM]. 2018 Nov 27;363.)



Tables

Table 1. Participant profile

No. | Role Age Gender Years of
experience*
1 PD nurse specialist 59 Female 23
2 PD nurse specialist 61 Female 43
3 Speech and language therapist 41 Female 19
4 Community matron (supportive and palliative | 61 Female 40
care)

5 MS nurse specialist 55 Female 34
6 PD nurse specialist 50 Female 26
7 PD nurse specialist 28 Female 6
8 Clinical psychologist 35 Female 9
9 HD nurse specialist 46 Male 25
10 | MND nurse specialist 53 Male 32
11 Occupational therapist 58 Female 36
12 Occupational therapist 54 Female 33
13 Clinical psychologist 37 Female 14
14 | MS nurse specialist 31 Female 10
15 Physiotherapist 32 Female 10
16 | Physiotherapist 30 Female 9
17 | Physiotherapist 34 Female 12
18 | Clinical psychologist 64 Female 41
19 | MND nurse specialist 59 Female 37

Mean age: M =47 (28-64),SD =125

Mean years of experience: M = 24 (6-43),SD = 12.7

*Experience reflects years of overall post-qualification experience
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Abstract

Background and Objective: Receiving the diagnosis of a motor
neurodegenerative condition (MNDD) such as Parkinson’s disease, multiple
sclerosis, Huntington’s disease or motor neurone disease, can be a critical process
for patients. Several studies of patients’ experiences have indicated patients’
dissatisfaction with aspects of how their diagnosis was communicated. However,
there is a significant research gap in studies addressing the doctors’ experiences
of breaking bad news for these conditions, especially from a qualitative
perspective. This study explored UK neurologists’ lived experience of delivering

an MNDD diagnosis and being the bearer of bad news.

Methods: 8 consultant neurologists working with patients with MNDDs took part
in individual, semi-structured interviews which were analysed within an

interpretative phenomenological analysis framework.

Results: Two themes were constructed from the data: Meeting patients’
emotional and information needs at diagnosis: a balancing act between disease,
patient and organisation-related factors’, and ‘Empathy makes the job harder: the
emotional impact and uncovered vulnerabilities associated with breaking bad

news’.

Conclusion: Breaking the news of an MNDD diagnosis was challenging for
participants, both in terms of achieving a patient-centred approach and in terms

of dealing with their own emotions during the process. Based on the study’s



findings an attempt to explain sub-optimal diagnostic experiences documented in
patient studies was made and how organisational changes can support

neurologists with this demanding clinical task was discussed.

Keywords: Breaking bad news, Diagnosis communication, Patient-provider
communication, Neurodegenerative, Motor neurone disease, Multiple sclerosis,

Parkinson’s disease, Huntington’s disease, Neurologists



Introduction

Breaking bad news (BBN) has been recognised asa critical aspect
of healthcare communication and one of the most difficult tasks doctors face
(Sparks et al, 2007). Bad news has been commonly defined as “any news that
drastically and negatively alters the patient’s view of his or her future” (Buckman,
1984, p. 1597) such as the delivery of a medical diagnosis. Because how such news
is delivered can have both a short- and long-term impact on patient outcomes
(Butow et al., 1996; Bredart et al., 2005; Mager & Andrykowski, 2002; Schmid et
al., 2005), the topic has attracted considerable attention from healthcare and
medical education researchers. Research on BBN has mainly focused on patient
perspectives and preferences and the development and evaluation of doctors’
training; however, doctors’ experiences and perspectives on breaking bad news

have been less commonly investigated (Vegni et al., 2005).

Itis acknowledged that BBN is a complex communication task that requires
multiple competencies beyond just disclosing the name of a diagnosis. These can
include delivering potentially distressing information in a sensitive way, assessing
patients’ information needs and capability to absorb bad news, identifying
and managing the emotional impact of bad news on all parties involved in the
consultation, discussing prognosis and facilitating shared decision-making
(Karnieli-Miller et al., 2018). In order to meet patients’ preferences, doctors need
to face the challenge of breaking bad news truthfully but at the same time

empathically and without taking away hope (Baile et al, 2000). Despite the



challenging nature of BBN, a recent international survey of more than
10,000 healthcare professionals, including doctors, showed that only about a
third had received formal training on BBN (Alshami et al,, 2020). It is, therefore,
not surprising that doctors often feel they lack the necessary skills (Mostafavian &
Shaye, 2018) and feel underprepared for the responsibility of BBN (Almaguer et
al, 2017; Gongalves et al.,, 2017). Moreover, studies have shown that BBN can be a
stressful task with stress reactions lasting beyond the actual consultation and
potentially contributing to symptoms of burnout (Studer et al., 2017). Doctors
sometimes also fear eliciting strong emotional reactions from their patients or
being blamed when breaking bad news (Berkey et al., 2018) and can experience
intense emotional reactions themselves such as guilt, failure, frustration

(Bousquet etal., 2015).

Although the majority of research on BBN has been conducted within
oncology, the importance of breaking bad news in other specialties, such as
neurology, is increasingly recognised (Storstein, 2011). Motor neurodegenerative
diseases (MNDDs), such as Parkinson’s disease (PD), multiple sclerosis (MS),
Huntington’s disease (HD) and motor neurone disease (MND), are incurable and
progressive, impacting patients’ movement, cognition and psychological
functioning (Batista & Pereira, 2016). HD and MND are also more directly life-
threatening, with MND patients’ life expectancy, for example, estimated at three
years on average after symptom onset (Hobson & McDermott, 2016). Our recent
review on patients’ perspectives on diagnosis delivery showed that receiving an
MNDD diagnosis can be the end-product of a long and distressing process, with

the diagnostic consultation an easily-recalled, critical and often shocking moment



for patients (Anestis et al., 2020). This review also revealed mixed views on
patients’ satisfaction with doctors’ approach to BBN, with negative experiences
highlighting inadequate information and time provision and lack of emotional

support and sensitivity at diagnosis.

MNDDs are most commonly diagnosed by neurologists whose perspectives
on BBN have been sparsely addressed by research. Our review found very few
studies of neurologists’ perceptions of BBN; most were quantitative and focussed
more on the parameters of their practice such as the terminology used and the
timing of the diagnosis and less on their actual experience of BBN. Further, a
survey study we conducted on UK neurologists’ perspectives showed that most
participants considered BBN to be a difficult and stressful task, with being honest
without taking away hope and spending the right amount of time being the main
challenges (Anestis et al, 2021). Although the survey was useful in that it
identified several areas of improvement, it did not adequately capture

neurologists’ in-depth experience of BBN for MNDDs.

Exploring neurologists’ experiences and emotions when breaking bad
news can help create a deeper and more holistic understanding of the doctor-
patient interactions during BBN which can ultimately lead to the development of
appropriate training and support for professionals and more effective and patient-
centred practices. Borrowing from the ideas within narrative medicine, we argue
that doctors bring their own ‘stories’ to a consultation, based on their personality
and their life and clinical experiences (Zaharias, 2018).Addressing

doctors’ subjectivity, understanding them as a person and not just as a skilled



professional has been suggested as one of the key dimensions of patient-
centredness (Mead & Bower, 2000). Physicians deal with patients’ needs and
expressed emotions using their own emotions, such as a need to ‘rescue’ the
patient or feelings of failure, frustration and powerlessness when an illness is
progressing or is untreatable (Meier et al., 2001). Doctors’ emotions, their ‘inner
life’, can thus have a crucial role in the doctor-patient interaction and the overall
quality of care and when unexamined, emotions can affect doctors’ well-being and
clinical judgment (Meier et al., 2001; Sanchez-Reilly et al., 2013). For this reason,
qualitative approaches are best suited to exploring the essentially subjective

experience (Gough & Madill, 2012).

Consequently, the primary aim of this study was to explore UK
neurologists’ lived experience of delivering an MNDD diagnosis and being the
bearer of bad news, with the specific research question being: How do neurologists
make meaning out of their experiences of breaking bad news and how is their

practice shaped by this meaning-making process?

Methods

Study design and ethical approval

A qualitative study design using semi-structured interviews and an
interpretative phenomenological analysis (IPA) approach were adopted in order
to allow a detailed exploration of neurologists’ lived experiences of BBN in the

context of MNDDs. IPA was chosen as it has been widely used in health research



and its phenomenological, hermeneutical and idiographic underpinnings make
itan ideal approach for the study of lived experience (Peat et al., 2019). The
interview schedule was developed based on previous research on doctors’
perspectives on BBN (Aoun et al,, 2016; Bousquet et al., 2015), models of BBN
(Baile et al,, 2000; Villagran et al.,, 2010) and our review of patients’ with MNDDs
perspectives on diagnosis delivery (Anestis et al., 2020). Two neurologists gave
initial feedback on the relevance and appropriateness of the questions and
adjustments were made. The study received ethical approval by the authors’ host

institution.

Sampling and participants

Due to [PA’s idiographic nature and its emphasis
on detailing individuals’ experiences and meaning making processes, it is
generally recommended that IPA studies have a homogenous and small sample
size (Pietkiewizc & Smith, 2014). For this study, consultant neurologists who
practised in the UK and delivered at least one of the diagnoses of interest (PD, MS,
MND or HD) were eligible for participation. To ensure the sample’s homogeneity,
we chose to exclude neurologists in training (neurology registrars) as their
experiences of BBN were expected to be both quantitatively and qualitatively
different. Participants were approached through collaborations with National
Health Service neurology departments and centresfor MNDDs and also
through snowball sampling and advertisement of the study on social media. Prior
to the interviews, potential participants were sent an information sheet and were

asked to complete a consent form. Eight neurologists took part in the study, a



sample size within the recommended IPA sample sizes (Murray & Wilde, 2020),
which allowed for an elaborate idiographic analysis. Participants’ demographic

characteristics are provided in table 1.

Data Collection

All participants were interviewed by the first author, one interview was conducted
in person and the rest over the phone or through video calls. Interviews lasted
from 27 to 79 minutes (M = 52 minutes). Interviews were audio-recorded and
transcribed verbatim by the first author. The semi-structured interviews included
open-ended questions and additional prompts, with closed questions asked to
explore further and clarify individual participant experiences. The interview

schedule can be found in the Appendix.

Data Analysis

Data were analysed following the guidance and steps outlined by Murray
and Wilde (2020). Familiarisation with the data was achieved by listening to and
transcribing the interviews and reading the transcripts. Following an idiographic
approach, each transcript was coded line-by-line using descriptive, interpretative
and linguistic comments. After coding was completed, codes were reviewed
and patterns of meaning and themes related to the research aims were identified,
summarised into text and given a title. This process was followed for every
transcript before moving to the next, trying to focus as much as possible on

individual participants’ unique experiences and meaning-making processes



without being preoccupied by findings from previous transcripts. Finally, a cross-
transcripts analysis was completed by identifying points of convergence and
divergence which allowed for a more complete and in-depth understanding of the
research phenomenon. During a process of experimentation, themes from
different transcripts were clustered together and constructed themes
which reflected salient aspects of participants’ experiences. Quotes from
individual interviews were then incorporated within these themes to evidence the

interpretation and analysis and illustrate the points made.

Quality, rigour and reflexivity

In order to ensure quality and rigour, both generic qualitative research and
[PA-specific quality indicators were used during the entire research process.
Rigour (Yardley, 2000, 2008) was ensured through intense familiarisation with
the transcripts, line-by-line coding and an in-depth idiographic analysis
performed by the first author. The first author also had regular meetings with the
other authors who gave feedback and initial thoughts on the first two interviews,
reviewed and added comments for each transcript during the coding phase and
discussed potential theme development. When writing up the themes, special
consideration was given to transparency (Yardley, 2000, 2008), helping the reader
understand how interpretations were derived from the data (e.g., through the use
of quotes) and producing themes with a coherent and compelling narrative which
addressed both convergence and divergence across participants’ accounts (Nizza
et al,, 2021). Moreover, reflexivity was an integral part of both data collection and

analysis (Finley & Gough, 2008). The lead author had previously conducted a



scoping review on patients’ with MNDDs perspectives of diagnosis delivery and
had developed a broad understanding on why their experiences were not always
positive (see Introduction). Through reflection, the lead author realised that this
understanding could potentially narrow down the topics discussed during
interviews which could appear as critical interrogations of neurologists’ practice
of breaking bad news. Instead, a genuinely ‘curious’ attitude was maintained
during the interviews which aimed at exploring doctors’ lived experiences and
understand how their practice was shaped by their experiences and meaning-
making processes. Also, taking into account the process of the ‘double
hermeneutic’ in [PA (where the researcher tries to make sense of participants who
are also trying to make sense of their experiences), coding, interpretations and
theme development were completed through a process of ensuring constant and
‘close proximity to the data’ (Engward & Goldspink, 2020) and acknowledging the
role of the researchers’ preconceptions in the analysis. This intended to minimise
(but not eliminate, as this would be impossible according to IPA) the researchers’
preconceptions and produce interpretative accounts grounded in participants’
understandings and meanings of their experiences (Murray & Wilde, 2020).
Finally, our study was committed to generating findings that were novel and
potentially impactful (Yardley, 2000), by addressing a research gap on
neurologists’ lived experiences of breaking bad news in MNDDs which could help
advance BBN training, improve available support for doctors and eventually

optimise patient care at diagnosis.



Results

Two themes which focussed on different aspects of participants’
experience of breaking bad news were developed; ‘Meeting patients’ emotional
and information needs at diagnosis: a balancing act between disease, patient and
organisation-related factors’, and ‘Empathy makes the job harder: the emotional

impact and uncovered vulnerabilities associated with breaking bad news’.

Meeting patients’ emotional and information needs at diagnosis: a

balancing act between disease, patient and organisation-related factors

This theme explores participants’ experiences of balancing disease, patient
and organisation-related factors, along with the inherent challenges in breaking
bad news, in order to provide an effective, empathic and patient-centred

consultation.

All participants considered breaking bad news as a challenging yet crucial
aspect of their role which they took seriously. [t was generally acknowledged that
receiving an MNDD diagnosis could be a life-changing process for patients, even
the ‘worst moment in their lives’ (Participant 8, P8). Drawing from conversations
with colleagues and his father’s negative experience of being diagnosed with PD
from a blunt neurologist, one participant supported the idea that suboptimal
diagnostic experiences ‘stick’ with both patients and doctors (P6). Emphasising
the importance of the diagnostic encounter, other participants mentioned that the

quality of their interaction with patients at diagnosis could ‘hugely’ affect their



future doctor-patient relationship (P3) and that how diagnosis delivery was

handled was equally as important as patients’ end-of-life care (P4).

P8: ‘One thing I was told as a medical student is that patients forget your
name, they might forget, you know, the stuffyou say, the details, but they’ll remember
how you were, they’ll remember how information was delivered and what you did

afterwards.’

Participants agreed that because of the potential long-term ramifications
of the experience of these consultations, it was crucial to deliver these diagnoses
with empathy, warmth and sensitivity. However, this was considered the biggest
challenge of breaking bad news by P1 (MND specialist) who explained the paradox

of having to give ‘terrible’ news in a gentle way.

Interviewer: ‘So, what are the most challenging aspects of delivering a
diagnosis of MND?

P1: ‘It’s knowing how to do it right, that's the most challenging. How do you,
how do you best give terrible news to somebody in a way that allows them to absorb
the information without shutting down emotionally and without it being such a
traumatic experience that they can't, they just re-live it or they can't even think
about it? It's that, how do you give that information in a gentle way. Because that's
in the end what you have to be, you have to be gentle, you're giving someone a
massive blow. It's like trying to punch someone so hard to knock them out but you

have to do it very, very gently.’



An MND diagnosis was viewed as a destructive force which was not only
emotionally traumatising for patients but could also hinder their ability to absorb
important information. The paradoxical challenge of giving such ‘terrible’ news
gently can be experienced as a no-win situation by doctors who are faced with a

task that seems unattainable.

Adopting a gradual approach to giving the name of the diagnosis was
described by all the participants as a way to mitigate this challenge. They usually
started the consultation by asking patients to give their perspective, talk about
their symptoms and share their thoughts on what their diagnosis might be. This
helped doctors establish patients’ current knowledge, form an initial assessment
of the patient’s circumstances and personality and tailor the rest of the
consultation. Using simple language and avoiding medical jargon, participants
then explained the neurological basis of the patient’s symptoms while they
included some ‘warning shots’ (e.g., mentioning the motor nerve before they
disclosed an MND diagnosis). Participants believed that these warning shots
‘softened the blow’ (P2, P8) and prepared patients for the disclosure of the name
of the diagnosis, making it a less ‘explosive’ (P1) moment. Participants believed
that this gradual approach served two main purposes. Firstly, it helped patients
understand and accept their diagnosis which came as a rational conclusion backed
up by test results and/or a clinical examination and, secondly, it minimised

reactions of shock which could hamper information absorption.

However, despite participants’ gradual approach to breaking bad news,

patients often reacted with shock or other intense emotions when they heard the



name of their diagnosis. It was generally agreed that it was important at that stage
to give patients and families time and allow them to express these emotions of
sorrow, despair, mourning or anger over the losses that an MNDD diagnosis might
signal. Letting these emotions run their course was considered essential in aiding
patients’ acceptance of the diagnosis. Participants’ accounts showed that
providing emotional support was mostly a task that did not include speech but

focussed on listening to and being there for patients.

P8: ‘Some people cry, some people say nothing, you wonder if they heard you,
people get angry. And the thing, the important thing is as well that, you know, none
of us know how we would react given news like this. You can't judge or tell people
what the right reaction is because there isn't a right reaction, you just need to give
them space to have the reaction and then be there. You shouldn't just rush out if at
all possible. And even if everyone's sitting there not saying anything, you're being

there, you're available. And sharing that time is important.

However, the same participant later in the interview also admitted that she
was surprised when people had intense emotional reactions when receiving a PD

diagnosis.

P8: ‘Sometimes, when somebody has quite a violent response to a diagnosis
of Parkinson's disease that can be quite surprising for you and that’s awful, because
we see so much Parkinson's that it’s almost one of the more benign diagnoses in
terms of neurodegenerative diseases. So, that can sort of calibrate you when

somebody is utterly devastated by a diagnosis of PD.’



There was generally a sense that some participants could not always
empathise with patients and understand their strong emotional reactions to the
news. As discussed earlier, diagnosis for participants was a rational and often
expected outcome, so they were sometimes surprised when patients reacted with
shock to bad news, especially after the gradual approach they followed and the
cues they offered. This was more often the case for conditions such as PD or MS
which participants even mentioned perceiving as a ‘good news diagnosis in
neurology terms’ (P5) unless patients were young. PD and MS were considered
benign in neurology terms because of advances in the treatments available for
these conditions and their better prognosis compared to HD and MND. In these
instances, there could be a fundamental mismatch between neurologists’ and
patients’ experiences, as professionals viewed the diagnosis from a biomedical
lens and based on their clinical experience while for patients this could

nevertheless be a life-changing moment.

Overall, participants gave detailed responses in describing patients’
emotional reactions but provided less information on how they managed these
reactions besides allowing patients’ time and space for emotional expression. For
one participant (P4) emotional support was solely provided by nurses who were
involved in the consultation and spent some time with patients and their families
afterwards. Despite being prompted, other participants gave no information at all
in terms of how they dealt with patients’ emotional reactions and needs or even

thought that these could not be managed.



Interviewer: ‘Some people have said that they find it challenging to respond
to patients’ emotions and manage the consultation when things are getting
emotional, what is your approach to this?

P7: ‘Well, I don't know if you can really manage it, I think you just have to let
them respond in the way that they're going to respond. If they re, you know, if they're
extremely devastated, you can't really manage it in a sense, you've just got to let

them get on with it.’

This could potentially be an aspect of breaking bad news with which not
all participants felt comfortable or confident with. However, participants agreed
that patients’ emotional reactions were useful in helping them structure the rest

of the consultation.

P6: ‘They are, you know, panicking and anxious and fearful. And, you know,
how you proceed from that point sort of depends on what you get back at that
moment of pause, right? Because if they're not, if they're in that shut down state, it's

just pointless carrying on, trying to get too much more information.’

Information-giving was generally perceived as a great responsibility by
participants who wished to help patients understand their diagnosis but without
further devastating them. Because of MNDDs' progressive and often life-
threatening nature, participants were ‘wary of bombarding people with
information’ (P7) which could be burdensome. Therefore, participants did not
have a specific agenda of items that needed to be discussed after a diagnosis was

communicated, so patients’ emotional reactions and questions were useful in



indicating patients’ readiness to receive further information. Even when patients
explicitly asked questions on a sensitive subject such as their prognosis,
participants often showed a reluctance to answer them. Some participants
mentioned double-checking before imparting distressing information whereas
another participant reported never answering patients’ with MND questions on
life-expectancy. This appeared to be an exception to the overall patient-centred
approach described in the interviews. Participants supported their practice either
by explaining that the unpredictability around how (and how quickly) MNDDs
progress would not allow them to give an accurate prognosis or by expressing

their intention to protect patients:

P8: ‘Patients can't know what they don't know. And you can't take away
knowledge once it is given. You can't protect people from an outcome that may
happen, but it's important to remember particularly near the beginning of the
illness, that some knowledge can be so burdensome, damaging, that only providing
it when it needs to be delivered or when the patient comes to you and says, ‘I've heard
about this thing’. So yeah, I think knowing, gauging what people want to know, is
very hard. Because what they say they want to know, might not be what they really

want to know.’

This participant acknowledged the challenge of assessing patients’
information preferences and suggested that timing was also important in
information giving, being sensitive to the vulnerability of patients who have just
been diagnosed and the damage that some information can cause. Another

exception to patient-centred care in information giving was described by P3 who



noted that in the case of MND, she often had to provide more information that

patients could potentially handle at diagnosis:

P3: ‘With MND I talk about advance directives early on. So, I say, 'This is a
devastating diagnosis, I can see this is a big shock, but I want you to start thinking
about what you want to do with your time and then plan things'. I want you to start
thinking about which things you want in terms of the peg or the non-invasive

ventilator... Unless they expressively bring up death,  wouldn't.

Although such information could burden patients who had just received an
MND diagnosis, the participant believed it was crucial for them to be prepared and
start making decisions early on. Based on her clinical experience and with an
intention to engage patients into shared decision-making, she felt it was her
professional duty to initiate such conversations early on. Interestingly, death itself
was considered a more sensitive topic which she chose not to discuss unless

patients explicitly asked about it.

Nevertheless, information at diagnosis was not always negative. As another
strategy to soften the blow of the diagnosis, participants offered patients
reassurance by explaining what support was available to them and how their
symptoms were going to be managed, sharing useful contacts and signposting to
other professionals, information sources and charities. P1 noted that, ideally, he
wanted people to leave the consultation not just having understood their
diagnosis, but also feeling ‘a bit positive’ and able to cope with it. Despite MND’s

life-threatening nature, he tried to instil a sense of hope by providing information



on current research on potential cures, current trials and alternative therapies
that were safe to try. However, other participants believed that although they
could promote optimism when delivering a PD or MS diagnosis, there was little

scope for hope for HD and MND.

P4: ‘No, I don't give any hope in MND. I think it's unfair, because then they’d
have an unrealistic expectation. I don't take away hope, but I don't give false hope. |
try to encourage them to take each day at a time and do the things they want but |

can’t give them hope.’

Participants who considered hope in the context of HD and MND to be
unrealistic or false reflected a traditional view of hope as solely associated with
the possibility of a cure. Some participants, such as P4 above, tried to encourage
patients with these conditions to still try to enjoy life and focus on what they could

still do, however patients’ need for hope was not explored.

Time was an essential factor which affected the quality of the BBN
consultations that participants could offer. Neurologists believed that an ideal,
patient-centred breaking bad news consultation should not feel rushed and should
meet patient’s needs for both information and support. This was not a problem for
P1 who worked in a specialist MND clinic that gave him the flexibility to spend as
much time as needed with patients at diagnosis. However, for other participants
who worked in hospital settings, optimal diagnosis delivery was often hampered

by organisational factors such as limited-service capacity and short time slots.



Some participants reported having to break bad news in short, even 15-minute,

consultations.

P2: ‘These are fixed times; we don't have any options there. You're always
clock-watching as a doctor the whole time. It's the biggest single negative of the job
probably, the lack of time to do anything properly. You just don't get long enough to
do anything. 15 minutes is just not enough time to tell - and in that 15 minutes, the
first 10 minutes might be spent examining patients if | want to just clarify some issue
or looking at the scan. Similar with PD, you're looking at 5 minutes with them to

have a chat which is nowhere near enough.’

In general, based on their perceived hierarchy of the severity of different
MNDDs, participants spent more time delivering MND and HD diagnoses
compared to PD and MS. For example, P3 mentioned investing one hour for the
diagnosis of MND and HD and half of that for PD and MS and P5 believed that even
five to ten minutes was sometimes enough to convey a PD diagnosis. This seemed
to be another exception to participants’ overall patient-centred approach as the
time dedicated for the diagnostic consultation was usually decided based on their
clinical experience and the clinical characteristics of a diagnosis and potentially
not the specific information and emotional needs of individuals. Also, knowing
that a follow-up with the patient could be after a year, doctors who reached a
diagnosis during a consultation sometimes had to break bad news to
unaccompanied patients there and then, a factor which also contributed to sub-
optimal diagnostic experiences. Other participants who also reported unrealistic

time slots explained that they sometimes had to be ‘resourceful’ (P5), ‘clock-watch’



(P2), be ready for their clinics to overrun (P6) and even be ‘naughty’ by breaking
rules and booking double appointments (P8) in order to provide an effective
consultation. These organisational restrictions arguably intensified an already
challenging task, particularly as participants knew that best practice could not

always be achieved at such a critical time in patient’s lives.

Empathy makes the job harder: the emotional impact and uncovered

vulnerabilities associated with breaking bad news

As discussed in the previous theme, participants emphasised providing a
supportive consultation and maintaining an empathic approach in order to break
bad news sensitively and effectively. Being empathic, however, was also a
challenge that ‘made the job harder’ (P6) as participants had not only to deal with
patients’ emotions but also their own. This theme explores how breaking bad
news was emotionally experienced by participants, how it felt to be the bearer of

bad news and the impact that this task had on them.

Overall, participants acknowledged that breaking bad news for MNDDs
was an emotionally burdensome task. There were, however, both similarities and
differences in the nature and the intensity of the emotions and the stage of the
consultation when these were experienced. For example, even preparing to
communicate an MND diagnosis or an unexpected MNDD diagnosis to young
patients was an experience that sparked dread, causing fear and anxiety to even
senior specialists. P8 reported that her ‘state of mind and demeanour are very

different’ when she knew she had to break bad news. She experienced tension



which started to build before the actual consultation and peaked at the moment

right before she gave the name of an MNDD diagnosis:

P8: ‘There's always a moment, just before you say the name of the disease, where you
feel terribly responsible. Like you've done it to them, that you've given it to them, |
don't know if it’s just me. I don't know why it feels like in diagnosing that you own

the disease, or sort of passing it through to them. That’s very sad".

This seemed to be a recurrent theme among participants who, while not
always expressing the feelings as overtly as P8, did use phrases indicative of a
belief they were causing harm (P1: ‘punching someone so hard to knock them out’,
P2: ‘cutting someone’s life off, P3: ‘dropping a bomb into the room’, P6: ‘wrecking
someone’s life’); clearly linguistically these emphasise the destructive nature of
these diagnoses. These metaphors indicate that, for participants, communicating
an MNDD diagnosis could feel like physically harming patients, a contradiction to
their professional caring role and the ‘do no harm’ principle. Experiencing this
contradiction could contribute to their reported feelings of responsibility and guilt
when breaking bad news. Moreover, after diagnosis disclosure, participants were
often emotionally challenged by having to witness patients’ reactions to the news,
which could be understood as an immediate consequence of their actions. One
participant vividly described the difficulty of giving an unexpected diagnosis and

seeing patients reacting with shock.

P6: ‘I think it's particularly challenging if the individual has no idea that it's coming.

I think that that is really hard. That doesn't get any easier. Because it's because you



know, that there's no, the warning shot, there's nothing there. There's no, you just
basically, you can just see the bottom drop out of somebody's life in front of you and

that's not nice.’

Several participants also discussed that after bad news was broken, they
were often exposed to patients’ intense emotional reactions. This was experienced
as an additional source of distress for professionals, eliciting sadness and
sympathy for patients but also a feeling of powerlessness. Because of the incurable
nature of MNDDs, participants were often faced with the challenge of not being

able to balance bad news with discussions about therapeutic options.

Interviewer: ‘So, in your opinion, what are the most challenging aspects of delivering
a diagnosis for these incurable conditions?

P3: ‘Erm, I think it's feeling powerless. So, you know that you're... People say that
knowledge is power, but with incurable conditions, it doesn’t feel like that. So, I'm

dragging them into giving them bad news and I can't really make anything better.’

Feeling powerless was associated with a feeling that her specialist
knowledge could only contribute to reaching the diagnosis and was no longer a
‘power’ that could substantially help patients at that point. This was particularly
intense when delivering MND and HD diagnoses where a ‘substantial treatment
story was absent’ (P5), in contrast with MS and PD which can usually be more

effectively managed by disease modifying therapies and medication respectively.



Other participants, such as P1, had a milder emotional experience during a
consultation of bad news but explained that he experienced the impact of breaking

bad news after a consultation had finished.

P1: When I'm in the interaction that's fine, I don't mind it. It's afterwards, 1
find it incredible draining.

Interviewer: Do you mean after the consultation?

P1: Yeah. During the consultation I'm fine cause I'm in the moment and I can,
and 1 feel prepared. I understand people are going to react in different ways. [...] 1
always feel, erm, I always wonder if I did it well, or if not, and how could I have done
it better. I always feel completely exhausted, and ['ve noticed my communication
skills plummet after this. So, if I look at texts that I've sent straight after a clinic, my
responses in a text are very different from a normal day.

Interviewer: Do you actively think about it afterwards?

P1: Yes. A Ilot. Yeah. I replay it in my head and think 'could I have done it
better?’, ‘was that the right thing?’. Especially if someone has a terrible reaction

where they shut down.

Unlike other clinical tasks with which P1 might have felt more confident,
BBN was a task that could induce feelings of self-doubt. This could illustrate the
complexity of BBN as a communication task but also indicate that BBN was an
aspect of his practice which made him feel vulnerable as a professional, doubting
whether his practice was optimal (‘could I have done it better?). Apart from self-
doubt, P1 could also observe feeling affected on cognitive and physical levels after

diagnostic consultations, effects which were also common for other participants



who mentioned feeling drained and experiencing migraines and stomach cramps.
The overall impact of breaking bad news also seemed to be more profound when

clinicians had to do it on multiple occasions within a day:

Interviewer: ‘Have you ever been emotionally affected after a challenging
breaking bad news consultation?’

P3: ‘Yes, well, often, really. I would say that they're cumulative. So, you give
bad news and you dust yourself down, you feel okay, and then that might happen a
few times and then something will happen, and I'll feel very upset and all of those

hurts and emotions will appear.’

Additionally, participants spoke of a variety of other factors which could
intensify the emotional aspects/experience of breaking bad news. Communicating
an MNDD diagnosis was generally considered more difficult and emotionally
draining when patients were young, were already facing personal challenges or
lacked a supportive network which would help them cope with the news and the
condition in the long term. Communicating MNDD diagnoses to younger people

was generally considered ‘unfair’ and an experience that stayed with clinicians:

Interviewer: ‘Have any experiences of breaking bad news been more
memorable to you throughout your career?

P2: ‘You know young people with MND are the ones that live with you, like
people in their 20's which I have done but there's nothing that specific really. It just
seems much more unfair, I suppose. You're cutting someone's life off in their 20's,

compared to cutting someone's life off in their 80's. It just seems more unfair. As I get



older you maybe re-adjust that a little bit, but the fact is that getting MND is your

80's is not as bad a thing as getting MND in your 20's.’

Some participants also explained how they found it emotionally difficult
when they had to break bad news to patients with severe cognitive impairments

or patients who experienced apathy:

P8: “In some cases, particularly if there's a cognitive element, patients might
be apathetic or not really understand, the families just fall apart and the patient just
sits behind, ‘oh everybody’s crying’. That’s very hard as well. | wouldn't say it makes

things more difficult, but it's more poignant.”

Identifying with patients when breaking bad news was also perceived as
an added difficulty which emotionally affected some participants. Delivering a
diagnosis to patients with a similar age, gender or family circumstances to them
was more upsetting for some neurologists. Breaking bad news in these cases
‘brought it home’ (P3) and acted as a reminder of participants’ own vulnerability
and their own fears regarding the unpredictability of life. One participant
discussed how becoming a parent made breaking bad news to parents more

challenging:

P6: ‘It's impossible not to become a bit emotional sometimes, you know, I
don't know whether other clinicians would have said, but I found medicine a lot
easier until I became a parent. So, you know, if I see patients my age, with, you know,

if I'm diagnosing Parkinson’s, and somebody’s age is X (participant’s age), and



they've got a young family, that's harder for me now than it was. When I was 35, |
didn't have any kids and I was diagnosing Parkinson's in the X-year-old with kids
that had less kind of direct kind of parallels with my life. So, it was easier to be a little
bit objective about that. Now, I can't help but go there too. You know, well, what if
that was me? Naturally your brain goes there. [...] I think that's hard then, because
you got a clinic, you know, you've got another four patients waiting. It's harder to

getyour brain back on track again, after a consultation like that, I think.’

Identifying with patients can be arguably considered as a way to empathise
truly with patients and realistically acknowledge the magnitude of the impact that
receiving an MNDD diagnosis can have. However, identifying was mostly
conceived as a challenge. Due to their professional reality/job demands,
participants had to disengage from these emotions in order to move on to the next
patient. While reflecting on the challenges of maintaining an empathic approach
when breaking bad news, another participant admitted that it was easier for him

to actually detach himself emotionally:

‘Well, you just look at them and imagine yourself in that seat. Just before |
start talking, I try to flip the seats round and imagine me sitting there, but you can't
get it too far because you have to carry on and be objective so there's a balance. It's
very easy to just close yourself off and break some bad news and then walk out. It's

not hard to do that. It's harder to open yourself up a bit.” (P2)

Some participants noted that being emotionally affected when breaking

bad news could be an under-recognised aspect of their practice potentially



because professionals were expected to put patients at the centre of every
consultation. One participant stressed the need for his colleagues to recognise that

they are ‘only human’:

P6: ‘I think, you just have to recognise you're only human, you're going to get

affected and if you are affected, well, okay, welcome, welcome to the human race!

Similarly, another participant (P3) spoke of understanding why patients
might be angry towards her when they receive a delayed diagnosis, but she did
feel upset about it as she was ‘still human’. Being human for these participants was
associated with being vulnerable to emotions when breaking bad news. There was
generally a sense that, as doctors, participants were not allowed to express their
emotions, be emotionally affected by these consultations and there was a fear of
becoming emotionally over-involved when breaking bad news. Even participants
who believed it is normal to be emotional felt the need to highlight the fact that
they had never been affected to the point of losing their objectivity and others

reported that they experience but do not express their emotions:

P3: ‘I have to stay there (after diagnosis disclosure) and probably manage
my emotions by trying to feel a bit numb. So, using a kind of - "I'm watching myself
giving bad news" rather than "I'm feeling myself giving bad news". I think that's
probably a common technique that doctors use, so that you don't sort of cry badly,
you can look empathetic and you can be open and you can be appropriately warm,
but the only way to not feel that upset whenever people are really upset is to do this

sort of 'imagine watching yourself’, it's quite body-motion control technique.’



Besides numbing her own emotions, P3 stated that she had to remain warm
and look empathetic, therefore regulating her emotional expression in order to be
able to carry on. Imagining herself breaking the news was another technique she
used to detach herself emotionally and avoid getting overly upset so she could
both continue with the consultation but also protect herself from the emotional
impact of BBN. Similarly, another participant believed that ‘you have to be strong
for the patient’ despite experiencing intense emotions of sadness. Such accounts
showed that maintaining their composure was important for participants and

potentially the expected norm for doctors.

[t is noteworthy that although - to some extent - all participants addressed
the emotional aspects of being the bearer of bad news, some were reluctant to
discuss this topic. This reluctancy could be as subtle as switching from first person
to third person when addressing the emotional experience of breaking bad news
or more prominent. For example, P2 initially viewed BBN just as a part of his job,
stripped of emotion, as a task which he did not find stressful or emotional. This
could be considered an attempt to ‘dehumanise’ the experience, detach himself
emotionally and view breaking bad news as simply a sterile exchange of
information. Similarly, at the start of our interview, another participant viewed
BBN just as part of his job (P5: ‘This is what I'm paid to do’) and it would be
‘frivolous’ for him to be anxious about it. This kind of sterile and rational
conceptualisation of his experience of breaking bad news, however, changed as

the conversation developed:



P5: [ suppose it's a bit like going to funerals. I don't know if you've been to
many, but, you know, whenever you go to a funeral, it reminds you of all the others
that you've ever been to, including those of your nearest relatives. And, whenever you
break bad news, it sort of reminds you of all the others. And it reminds you of your
own predicament in life and of life, your fragility. You know, is it existential angst in

a sort of way?

This ‘funeral’ metaphor illustrates the emotions of shared sorrow that
surround the diagnosis of MNDDs which can act as a reminder of our own fragility
and induced feelings of existential angst. This is in alighment with accounts from
other participants which suggest that breaking bad news was an experience which
could uncover doctors’ professional and personal vulnerabilities. Reflecting and
admitting these vulnerabilities and reliving the sad memories of previously
breaking bad news could explain why some participants showed this initial

reluctance in addressing emotional topics.

Because of how emotionally demanding BBN could be, participants
mentioned that, although essential, it was often considered as an unwanted or ‘not
enjoyable’ task among doctors. However, one participant highlighted some

positive aspects of the task.

P8: ‘A clinic can be fulfilling and valuable because you feel like you've given
people a diagnosis that is difficult and you've done it to the best of your ability and

probably, you've done it as best you can and you take comfort from that, or you've



discussed a difficult issue sensitively and the patient trusts you and you've worked

together to come to a decision about the next stages.’

Her account suggests that through a change of perspective and good BBN
practice, doctors can actually gain job satisfaction, feel confident about their

practice and build trusting relationships with patients.

Discussion

This was the first qualitative study to explore neurologists’ lived
experiences of delivering an MNDD diagnosis and being the bearer of bad news,
emphasising the experiential and emotional aspects of BBN for these conditions.
The analysis generated two main themes; the first theme focussed on participants’
patient-centred practice as a balancing act and the second theme focussed on the

emotional experience and the emotional impact of BBN.

BBN was perceived by participants as a challenging, yet crucial aspect of
their role which they took seriously. Patients’ varying information preferences
and intense emotional reactions, time constraints, MNDDs’ incurable nature and a
perceived limited scope for hope for conditions such as HD and MND were some
of the challenges discussed by participants. Despite these difficulties and similarly
to findings from other quantitative studies on neurologists’ perspectives on
breaking bad news (Anestis et al, 2020, 2021), neurologists reported good
standards of practice, following a patient-centred approach and being sensitive to

patients’ needs for information and support at such a critical time in their lives.



However, patient studies have shown that a significant proportion of patients with
MNDDs are still dissatisfied with how they received their diagnosis (Anestis et al.,
2020). This study’s qualitative nature, participants’ in-depth reflections regarding
their practice and the interpretative, inter-subjective understanding of
participants’ accounts can help shed light on the seemingly contrasting findings

between doctor and patient studies.

Information provision at diagnosis

Inadequate information provision at diagnosis has been highlighted by
patients with MNDDs as an aspect of diagnostic consultations that needs
improvement (Anestis et al,, 2020). Although participants in our study reported
providing additional information and answering patients’ questions, this was not
always possible due to short consultation times, especially for MS and PD
diagnoses for which participants invested significantly less time. Even though
doctors might signpost patients to other professionals for follow-up support,
receiving an MNDD diagnosis in such short consultations and not being provided
with additional information can be experienced as abandonment by patients
(Pavey et al., 2013; Peek, 2017). In addition, some participants in this study were
particularly reluctant in disclosing prognostic information even when patients
explicitly asked for it. In part, this can be explained by inherent difficulties
estimating MNDD’s prognosis (Chio et al, 2009; Degenhardt et al.,, 2009), but
participants also explained that they felt that disclosing prognostic information
for life-shortening conditions such as MND could have detrimental effects on

patients. Although not all patients with MNDDs want to receive prognostic



information at diagnosis (Dennison et al, 2016), some might experience
dissatisfaction with the consultation when their autonomy is being compromised,
their prognosis-related questions are left unanswered, or they feel they have to
push for information (Pretorius & Joubert, 2014). In general, doctors find
conveying a prognosis more difficult than a diagnosis (Schofield & Butow, 2004)
and they often only disclose prognostic information when patients broach the
topic (Gordon & Daughtery, 2003), delay giving it or even choose to withhold it
completely (Baile et al., 2002). Doctors’ stress, lack of training and fear of
distressing patients and taking away hope have all been previously cited as
potentially contributing to such practices (Holloway et al., 2010; Hancock et al,,
2007); however engaging in prognostic discussions has been associated with a
variety of positive outcomes (van Eenennaam et al., 2020) and can help patients
gain a sense of control (Curtis et al., 2008: Walczak et al., 2013), plan for the future
(Mitchison et al., 2012; Walczak et al., 2013), and redefine what they hope for

(Clayton, et al., 2005; Coulourides et al.,, 2015).

Divergence of doctors’ and patients’ perspectives at diagnosis

Another frequently cited reason that contributes to sub-optimal diagnostic
experiences for patients with MNDDs is professionals’ manner, specifically a blunt
approach or a lack of empathy (Anestis et al., 2020). Although all participants in
our study acknowledged the potentially life-changing nature of these diagnoses
and the need to be sensitive, our previous findings suggest that there is a
significant divergence in terms of how professionals and patients perceive and

experience diagnosis delivery. For participants, gradually explaining and naming



a diagnosis was a rational process based on medical knowledge and clinical
experience, especially when a diagnosis was suspected. Participants were
therefore surprised when patients were still shocked and had ‘violent reactions’
to it. This was particularly the case for MS and PD, which were even considered
‘good news’ diagnoses by some participants since they were not directly life-
threatening. This is in line with the findings of an early qualitative study on
diagnosing PD which showed that reaching and explaining the diagnosis was
perceived as a moment of ‘theoretical coherence’ by general practitioners, with PD
diagnosis being considered less ‘emotionally loaded’” when compared to other
neurological diagnoses (Pinder, 1992). Similarly, participants in our study
reported finding MS and PD diagnoses less emotionally challenging and more
benign in neurological terms, so they spent significantly less time communicating
these (even 5-10 minutes for PD). Despite their emphasis on being empathic, MS
and PD diagnoses were mostly viewed through a biomedical lens, not fully
acknowledging the impact of these conditions on daily living and the stigma and
identity disruption associated with them (Grytten, & Maseide, 2006; Leroi, 2017).
Yet, although patients with PD might feel relief to receive an explanation and to
start treatment for their symptoms (Habermann, 1996; Phillips, 2006) receiving a
PD diagnosis can be a disrupting, irrational and shocking time in their lives
(Gofton & Jog, 2008; Phillips, 2006). PD patients who received their diagnosis in
such swift, business-like manner have experienced their doctor’s approach as a
lack of ‘shared impact’, a source of additional distress and abandonment (Peek,
2017; Warren et al., 2016). One participant acknowledged this as a weakness of
her practice and believed it was due to PD being a common diagnosis and

unavoidably comparing it with other, more severe neurological conditions, factors



which compromised her intention to show empathy and share the patient’s

perspective and emotions.

Attending to patients’ emotions at diagnosis

Furthermore, although participants emphasised the importance of
allowing patients to express their emotions, they gave little detail in terms of how
they responded to these. This has been documented as one of the biggest
challenges neurologists face when breaking the news of an MND diagnosis (Aoun
et al,, 2016) and an area in which neurologists would like to receive further
training on (Anestis etal.,, 2021; Aoun et al.,, 2016,). Some participants emphasised
the need to be there for patients and share these emotional moments - even the
silence - with them while for others it seemed that emotional support was mainly
the nurses’ responsibility who could meet with the patient after the consultation.
In addition, when prompted about this topic, other participants reported offering
reassurance through giving information about the availability of services and the
symptom-management they could offer. Doctors are often reported to ignore
patients’ emotional expression or respond to patients’ concerns by providing
biomedical information (Finset, 2012; Mjaaland et al., 2011). A study analysing
neurologists’ consultations with MS patients showed that 75% of patient
expressions of concern were not attended by neurologists who switched topic,
devalued these expressed emotions or offered generic reassurance (Del Piccolo et
al., 2015). Such practices can discourage further disclosure of emotion (Pollak et
al., 2007), despite evidence that has associated attending to patients’ emotions

with a variety of positive patient outcomes (Street et al.,, 2009). Detecting and



responding to patients’ negative emotions can also have diagnostic value (Street
et al,, 2009), which could be particularly helpful in the early recognition and
management of psychological difficulties common in patients with MNDDs (Beart
et al,, 2017). A study with oncologists showed that this lack of engagement with
patients’ emotions can be associated with doctors’ difficulty in recognising
emotions, worry that addressing emotions is time consuming and fear of
becoming emotionally involved (Pollak et al., 2007), reasons which could also

potentially explain the practice of the participants in our study.

Acknowledging the emotional aspects of breaking bad news

Apart from not always attending to patients’ emotions, participants often
left their own emotions during breaking bad news also unexplored. Off-the-
record, some participants mentioned that taking part in the current study was
useful as an opportunity to reflect on their experience of breaking bad news and
the emotions that accompanied it. Similar to the findings of a US study on
neurologists’ well-being (Miyasaki et al., 2017), some participants in this study
noted that the emotional parameters of working within neurology and breaking
bad news were under-recognised. In general, healthcare professionals are in a
unique position of vulnerability because of their constant exposure to other
people’s pain and loss, however this vulnerability is not always recognised (Carel,
2009). The expression of emotions among doctors can be perceived as a sign or
weakness and incompetence (Wallace, 2010), especially in Western medicine
which seems to favour the image of a skilful, rational and emotionally detached

professional (Kerasidou & Horn, 2016). There seems to be a stigma around



admitting to emotional difficulties in medical practice which discourages
professionals from seeking support (Department of Health, 2010) and contributes
to a ‘conspiracy of silence’ among doctors (Wallace, 2010), despite the potential
negative consequences on doctors’ well-being (Kerasidou & Horn, 2016). This was
reflected by some participants’ initial reluctance to discuss the emotional
experience and impact of BBN, viewing it just as a clinical task stripped of emotion.
Participants felt that they had to remain strong while BBN, believing that their
emotions were incidental to patients’ well-being. However, other participants
emphasised that being emotionally affected when breaking bad news was normal

and part of being human.

The emotional impact of breaking the news of an MNDD diagnosis

In line with findings from other quantitative studies which have
investigated neurologists’ perspectives on BBN, participants generally
experienced it as an emotionally burdensome and stressful task (Aoun et al., 2016;
Anestis et al, 2021). The experience of stress extended beyond the actual
consultation (Studer et al,, 2017), affecting them on a cognitive and somatic level
too. Apart from the distress derived from the task itself, participants arguably
experienced moral distress too, a negative feeling evoked when clinicians cannot
carry out what they consider to be ethically appropriate (Lamiani et al., 2017).
Moral distress can be induced by organisational restrictions common in
healthcare institutions (Mullet, 2016, as cited in Delgado, 2021) such as those
discussed among participants in this study: work overload, inadequate

consultation slots and unavailability of quick follow-up appointments. These



organisational restrictions arguably had an impact on both the standards of care
professionals could offer at diagnosis (e.g., limited time to provide information
and support) but also their experience of BBN (e.g., the stress of clock-watching).
Acknowledging the experience of moral distress among doctors is critical as it has
been identified as a risk factor for depression and job quitting and is associated
with low job satisfaction (Lamiani et al., 2018). Moreover, BBN seemed to be a task
that often uncovered participants’ professional and personal vulnerabilities. As
professionals, participants often experienced emotions of self-doubt, guilt and
powerlessness, feeling that they could only offer bad news without being able to
balance this with hope for an effective treatment plan. BBN for MNDDs was
therefore not an enjoyable task as participants often felt they were ‘causing harm’
to patients through bad news without being able to offer treatment and fulfil the
caring aspect of their job. Treating an incurable disease has been associated with
feelings of inadequacy and limited treatment options generally make BBN
consultations more difficult (Nisbet et al., 2017), which explains why participants
found delivering HD and MND diagnoses more challenging. BBN heightened
participants’ personal vulnerabilities too, especially when participants identified
with patients’ circumstances. Delivering the diagnosis for MNDDs, which do not
have clear causing factors, to patients of a similar gender, age or family
circumstances to them, was a reminder of the unpredictability of life and
neurologists’ own vulnerability to disease and death. I[dentifying with patients was
perceived as an additional challenge of BBN which often made it difficult for
participants to recover emotionally and move on to the next patient. Participants
had thus learnt how to suppress these emotions potentially as a way to protect

themselves from the emotional impact and retain their objectivity (Coulehan,



2005). However, identifying with patients as a form of vulnerability can also help
doctors better empathise with and understand a patient’s situation, allowing them

to offer genuine compassionate care and support (Malterud et al., 2009).

Empathy, emotional involvement and detachment when BBN

Although empathy was recognised by participants as a prerequisite for
effective BBN consultations, empathy was also believed to ‘make the job harder’
by uncovering the vulnerabilities discussed above and making doctors susceptible
to distressing emotions. Empathy has been recognised as a vital component of
therapeutic relationships (Yu & Kirk, 2009) and associated with a variety of
positive outcomes for both healthcare professionals and patients (Derksen et al.,
2013; Hickson etal., 2002; Riess et al., 2012). Not surprisingly, BBN protocols have
emphasised its importance in meeting patients’ emotional needs (Baile et al,,
2000; Villagran et al.,, 2010). However, it is a common belief among doctors that
empathy increases their vulnerability to patients’ suffering and might act as a risk
factor for their well-being (Tanriverdi, 2013), yet only one out of ten studies in a
systematic review supported this claim (Wilkinson et al, 2017). It has been
proposed that the false belief that links empathy with burnout can be explained
by a confusion between empathy and sympathy (Kerasidou & Horn, 2016).
Empathy encompasses both emotional and cognitive domains which allow an
individual to understand and feel others’ perspectives and experiences without
losing the boundaries of the self (Hojat et al, 2001; Rogers, 1995), whereas
sympathy is the emotional identification with others which can actually lead to

secondary traumatic stress and emotional over-involvement (Crumpei & Dafinoiu,



2012; Switankowsky, 2000). Indeed, participants reported feeling sad and drained
and showed sympathy when they were exposed to patient’s intense emotional
reactions or had to deal with a particularly emotional case, which indicates that it
was probably sympathy and not empathy which had the more intense emotional
impact on them. Nevertheless, across interviews, there was a fear of becoming
emotionally over-involved when BBN, so participants reported either numbing
their emotions or sometimes completely emotionally detaching themselves in
order to be able to carry on and remain objective and professional. Similarly, a
qualitative study within oncology described BBN as a task which could cause aloss
of control in terms of doctors’ emotions and professionalism (Friedrichsen &
Milber, 2006). Although emotional over-involvement could indeed affect medical
objectivity and clinical judgement and cause emotional exhaustion and
compassion fatigue (Figley, 2012; Gleichgerrcht & Decety, 2012; Weilenmann et
al,, 2018), detachment can also lead to a loss of meaning, objectification of patients
and cynicism, factors which could lead to burnout and depression (Weilenmann
et al., 2018). Additionally, we could argue that participants’ heavy workload and
short consultation slots did not always allow space for genuine emotional
involvement which could explain why detachment was considered easier than
involvement. There is a fine difference, however, between detachment and
disengagement from patients, with increased detachment potentially perceived as

apathy and lack of understanding by patients (Maslach, 2003).

Implications for practice and organisational change



Despite the good standards of practice reported in this study, participants
did not always have access to resources that would allow for a truly empathic and
patient-centred approach. Although not included as a finding in our results
section, neurologists in this study reported rarely receiving any training in
breaking bad news and managing emotions during their specialist training. This
lack of training, along with differences in perspectives and organisational
restrictions highlighted in our study, could potentially explain the contrast
between doctor and patient studies regarding diagnosis communication in
MNDDs. In order to respond appropriately to patients’ information and emotional
needs at diagnosis, neurologists firstly need to exercise their empathic approach
by understanding patients’ reactions to bad news without imposing their own
judgment regarding the severity of a diagnosis. Professionals should be guided by
patients’ emotions, appropriately respond to these and offer tailored support and
information, avoiding one-size-fits-all approaches (e.g., never promoting a sense
of hope for MND or never discussing life expectancy at diagnosis). Neurologists
can follow BBN protocols such as the COMFORT model, which adopts a relational
approach to BBN that addresses the needs, expectations and desires doctors and
patients bring in a consultation and can foster convergence between their
perspectives (Villagran et al., 2010). Our findings also suggest that emotional
vulnerability when breaking bad news should be recognised and not suppressed.
Vulnerability theory suggests that vulnerability can be generative, promoting
innovation, growth and fulfilment (Fineman, 2012), but it requires self-awareness
and self-care in order to be utilised in therapeutic relationships (Barnard, 2016).
Appropriate training should, therefore, not just focus on BBN but equip

professionals with the appropriate skills of recognising their own vulnerabilities,



managing their own emotions and reflecting on how these affect their practice
(Meitar et al., 2009). Training should educate professionals on the fine differences
between sympathy and empathy and detachment and disengagement, potentially
utilising the concept of detached concern, a strategy that incorporates empathic
concern and detachment in a dynamic way that both addresses patients’ needs
without negatively impacting professionals’ well-being (Lampert et al., 2019).
Apart from offering such training, it is fundamental that organisations make space
for empathy and attend to doctors’ moral distress (Kerasidou & Horn, 2016) by
tackling severe staffing issues in neurology in the UK (Nitkunan et al., 2020) and

reconsidering current restrictions on time slots, especially for BBN consultations.

Limitations

There are several limitations that should be considered in terms of the
present study’s methodology and focus. Firstly, because recruiting participants for
this study was a major challenge, we could argue that the neurologists who did
take part might be more interested in the topic or more confident in their practice
of BBN. Although it was not an intention of this phenomenological study to
produce generalisable results, we understand that the results presented might not
reflect the typical professional. Secondly, although samples in IPA need to be
homogenous, participants in our study practised in different types of settings and
different parts of the UK, with participants practising in rural areas or specialist
clinics having more time to invest in BBN consultations. This difference could
potentially have a substantial effect on the experience of BBN and we observed

that participants who were able to offer longer consultations were also able to



provide richer accounts compared to participants who practised in busy general
hospitals in big cities. Thirdly, because of this study’s exploratory nature we chose
to group four MNDDs together, however results could be more refined if these
diagnoses were examined in separate studies, for example, to address the impact
of different types of MND or MS on the experience of BBN. In addition, other
MNDDs, often lesser known and associated with a poor prognosis, such as multiple
system atrophy, progressive supranuclear palsy and atypical parkinsonism were
not included in this study. Fourthly, our interview schedule did not include a
specific question about cultural factors (e.g., some cultures support the
concealment of a diagnosis, Holmes & Illing, 2021) which may influence the
process of BBN and because this was not addressed by participants either, we feel

that it is an important omission of this study.

Conclusion

Breaking bad news for MNDDs was a challenging task for neurologists who
had to manage patients’ varied information and emotional needs, while also
managing their own emotions, a heavy workload and time restrictions. The IPA
approach allowed an exploration of the intricacies of the experience of BBN and
helped highlight how participants’ practice was shaped by their perspectives and
how the task uncovered their personal and professional vulnerabilities. Exploring
the lived experience of being the bearer of bad news in the context of MNDDs also
helped explain the observed differences between studies of doctors’ and patients’
perspectives on diagnosis delivery and suggest ways to support appropriately

professionals with this task and eventually optimise the patient experience.



Tables

Table 1. Participants’ characteristics

Participant | Gender Years of experience as a Age
consultant
P1 Male 20 54
P2 Male 13 49
P3 Female 12 47
P4 Male 12 48
P5 Male 10 46
P6 Male 8 44
P7 Male 6 43
P8 Female 2 38




Chapter Seven

General Discussion

This chapter will start with an overview of the research aim and objectives
of this thesis and how these were achieved by the individual studies. An
integration of findings from the different studies will then be attempted to further
enhance our understanding on the topic of the thesis. The main findings will then
be interpreted and positioned within the scientific literature on the topic of
breaking bad news and the fields of healthcare communication and medical
education. Finally, the limitations of the current thesis along with implications for

practice and research will be discussed.

Overview

The aim of this thesis was to develop an understanding of HCPs’
perspectives on breaking bad news for MNDDs in the UK. Three research
objectives were specified to facilitate the process of reaching the research aim: a)
Establish pre-existing knowledge and identify potential research gaps on patients’
with MNDDs and doctors’ perspectives on diagnosis communication, b)
Investigate neurologists’ current practice, attitudes and lived experiences of

communicating an MNDD diagnosis in the UK, and c) Explore non-medical



professionals’ range of involvement in breaking bad news for MNDDs in the UK.
To meet the research aim and objectives, a mixed-methods approach with a
pragmatist critical-realist stance was adopted and four studies were conducted.
Below an overview of how the research objectives were addressed by the

individual studies (publishable papers, PPs) is provided.

Research Objective 1: Establish pre-existing knowledge and identify potential
research gaps on patients’ with MNDDs and doctors’ perspectives on diagnosis

communication.

Before the conduct of empirical studies that investigated professionals’
perspectives in breaking bad news, it was considered essential to become familiar
with the pre-existing knowledge, explore the breadth and nature of research and
identify potential research gaps in the topic of diagnosis communication in
MNDDs. A scoping review of studies from patients’ and doctors’ perspectives
(PP1) was therefore conducted. Forty-seven studies were included in the review
indicating that diagnosis delivery for MNDDs had attracted substantial research
interest. However, looking more closely at the results, almost half of the studies
included (n = 23) were related to the diagnosis of MS, only six studies addressed
doctors’ perspectives and we had to exclude HD from the review as we found no
studies that met the inclusion criteria. Only one study on doctors’ perspectives
was conducted in the UK and it was the only doctors’ study which adopted a
qualitative methodology, addressing general practitioners’ experiences with
diagnosing PD (Pinder, 1992). The identified research gap on UK neurologists’

perspectives on breaking bad news for MNDDs informed the rationale for



consequent studies of the thesis (PP2 and PP4). Moreover, the scoping review
provided a summary of available evidence which highlighted that a significant
proportion of patients were dissatisfied with how they received their diagnosis,
especially with the information provided, the duration of the diagnostic
consultation and the lack of compassion shown by doctors. These findings were

used to inform the design of the empirical studies of the thesis (PP2, PP3, PP4).

Research Objective 2: Investigate neurologists’ current practice, attitudes and

lived experiences of communicating an MNDD diagnosis in the UK.

This research objective was addressed by PP2, a quantitative survey study
and PP4, a qualitative study adopting an IPA approach. Although there was an
overlap between the focus of these studies in that they both addressed
neurologists’ current practice in BBN for MNDDs, the qualitative study provided
an in-depth exploration of their lived experiences and the emotional aspects of
BBN which had only been briefly addressed by previous quantitative studies

identified in the scoping review (PP1).

The survey was completed by 49 participants who acknowledged the
difficult and stressful nature of BBN, but reported good standards of practice,
especially in terms of setting-related factors (providing a private space, avoiding
interruptions, arranging suitable seating and maintaining eye contact).
Challenging aspects of the task (e.g., perceived lack of time) and aspects of the
consultation where standards of practice were sub-optimal (e.g., a reluctance to

promote a sense of hope for HD and MND and not always asking patients to bring



family members to the consultation) were identified. These findings were further
explored in the [PA study where participants elaborated on their lived experiences
of BBN. Specifically, although participants intended to offer patient-centred
consultations, BBN was perceived as an almost impossible balancing act due to the
progressive and incurable nature of MNDDs, the variety of patients’
communication preferences and often severe time constrictions and limited
service capacity. Findings from the IPA study also suggested that neurologists
often struggled to respond to patients’ emotional needs and were challenged by
the emotional impact of being the bearer of bad news and the vulnerabilities that

this task uncovered.

Research Objective 3: Explore non-medical professionals’ range of involvement

in breaking bad news to newly diagnosed patients with MNDDs in the UK.

We acknowledged the need to explore non-medical HCPs’ involvement in
BBN for MNDDs while conducting the scoping review (PP1), coming across
findings from patient studies that praised specialist nurses for their practice in
providing information and support at diagnosis. This research objective was
addressed by a qualitative, thematic analysis study which aimed at exploring
HCPs’ involvement in BBN to newly diagnosed patients with MNDDs in the UK.
Since MNDDs are usually managed by multidisciplinary teams, a variety of HCPs
took part in the study, who identified BBN as a vital part of their practice. Findings
suggest that non-medical HCPs were involved in a range of tasks that could be
considered BBN, from re-iterating diagnostic information and explaining the

impact of MNDDs on different aspects of patients’ daily lives to initiating



prognostic and end-of-life discussions. Participants discussed the challenges of
facilitating such difficult discussions, assessing and responding to patients’
information needs, but also highlighted the importance of BBN as a way of

supporting and empowering newly diagnosed patients.

Integration of Findings

The integration of quantitative and qualitative findings in mixed methods
research can enable a more in-depth understanding of the subject matter (Fetters,
Curry & Creswell, 2013). Integration can be achieved at different levels and
through the use of different techniques depending on the study design. The first
level of integration in this thesis was achieved at design level, as findings from the
earlier studies informed the design of the others. Attempts at integration can also
be found in the discussion sections of PP2, PP3 and PP4 where findings from each
study were interpreted through contrasting and comparing with findings from
earlier studies of the thesis. Here, an integration of the findings from all four
studies will be attempted. Integration will be achieved through a ‘weaving
technique’: presenting and contrasting the main findings from different studies
through narrative, on a theme-by-theme basis (Fetters, Curry & Creswell, 2013;
Othman, Steen & Fleet, 2021). During the process of integration, the main findings
from different methods were contrasted to reveal convergence, complementarity,

silence or discrepancies between them.



Overall professionals’ attitudes towards BBN for MNDDs

Participants from all the empirical studies of the thesis viewed BBN as a
critical aspect of their practice with qualitative accounts acknowledging the
potential long-term effects of these consultations. Based on their clinical
experience, participants believed that the quality of these conversations could
influence their future relationship with patients and patients’ adjustment to the
news, outcomes which empirical research has indeed associated with the
perceived quality of BBN (Schofield et al., 2003). Addressing the life-changing
nature of these diagnoses, participants in the qualitative studies reported
following a patient-centred, sensitive and empathic approach to giving bad news.
Although BBN was generally perceived as a difficult task (77% of participants in
the survey study believed it was ‘probably’ or ‘definitely’ difficult), 94% of survey
respondents believed they were ‘good’ to ‘very good’ at it, similarly to another
survey of neurologists in Italy where 79% of respondents considered their MS
diagnosis delivery practice as competent (Martinelli et al., 2012). Participants in
our survey study also believed that 81% of patients were ‘somewhat’ to ‘very
satisfied’ with how the diagnosis was delivered. Although some were conducted
in different countries, it is worth noting that patient studies have reported
significantly smaller percentages in terms of satisfaction with diagnosis delivery
(45% - 68%) (Anestis et al.,, 2020) with only one study reporting that 91% of
patients with were satisfied with how their diagnosis was communicated
(Lorefice et al., 2013). This difference could be attributed to doctors’ tendency to
overestimate their communication competence (Tongue, Epps & Forese, 2005)

and differences between doctors and patients’ views in terms of what constitutes



effective communication, with patients usually preferring a psychosocial
approach while doctors follow a biomedical model of communication (Kee, Khoo,

Lim & Koh, 2018).

Information provision

A recent UK patient experience survey with a variety of neurological
patients (The Neurological Alliance, 2019) and our scoping review of patients’
with MNDDs perspectives on diagnosis communication (PP1) showed that a
significant proportion of patients were dissatisfied with the amount of
information they received at diagnosis. Our empirical studies on HCPs’
perspectives indicated that the process of effectively assessing and responding to
patients’ information preferences was potentially the most central and one of the
most challenging aspects of their BBN practice. Information giving was generally
perceived as a great responsibility due to the potentially distressing nature of the
information that needed to be imparted to patients’ with MNDDs. Participants in
all three HCPs’ studies (PP2, PP3, PP4) spoke of the need for clarity and honesty
when providing information and acknowledged patients’ fundamental right to
receive information about their diagnosis. At the same time, professionals were
faced with a challenge reported commonly in studies on breaking bad news (Baile
et al., 2000; Bousquet et al., 2015), providing realistic information, without taking
away hope, which was considered the most difficult aspect of BBN by the
neurologists in the survey study (PP2). Participants in the qualitative studies (PP3,
PP4) also discussed the challenge of effectively assessing patients’ information

needs, especially as these could significantly vary among patients. Explicitly



asking about what information patients wanted, double-checking before
imparting information and being guided by patients’ questions, cues and
emotional state were some of the strategies that HCPs followed to make sure they

followed a patient-centred approach.

However, although 90% of respondents in PP2 reported that the course
and prognosis of the disease should be discussed at diagnosis, some neurologists
in PP4 discussed their reluctance to provide prognostic information, especially
regarding life expectancy, for life-threatening conditions such as MND and HD,
even when patients asked for such information. Participants explained that it
would be difficult to give accurate predictions as the progression of MNDDs can
be unpredictable in early stages, but they would also withhold prognostic
information if they felt that it would cause significant distress. However, our
scoping review showed that most (even MND) patients with MNDDs required
prognostic information at diagnosis (PP1). Arguably, patients might feel
dissatisfied with not having their prognostic questions answered, even when they
were provided with an explanation regarding the prognostic uncertainty in
MNDDs. On the other hand, non-medical HCPs in PP3 seemed more willing to have
prognostic conversations with newly diagnosed patients to help them ‘know
where they stand’ and ‘make plans for their life’. However, these conversations
mostly focussed on the impact and course of the disease, not life expectancy. In
addition, neurologists in PP4 probably felt that an MNDD diagnosis was already
difficult to digest, whereas patients might have been more ready to receive
prognostic information in their subsequent appointments with non-medical HCPs.

Some participants in PP3 and a participant in PP4 reported another ‘deviation’



from their overall patient-centred approach to information giving. These HCPs
often felt it was their professional duty to provide information in order to prevent
future crises or encourage decision-making for end-of-life care when patients
were already at advanced stages of the disease, regardless of patients’ readiness
to receive such information. Professionals’ accounts, therefore, indicate that
although patient-centred care was generally supported, information giving was an
aspect of BBN which could raise ethical dilemmas, with more paternalistic
practices or a sense of professional obligation sometimes outweighing patient-

centredness.

Overall, all HCPs reported good standards of practice, providing plenty of
information that could help patients understand their diagnosis, however
neurologists’ ability to provide an adequate amount of information was often
hindered by time restrictions (discussed in another section below) which non-
medical HCPs did not experience. In addition, although the findings of this thesis
suggest that even if patients did not receive enough information from their doctor
at diagnosis, subsequent appointments with other HCPs could help fill this
information gap. Besides often reiterating diagnostic information, information
provision for non-medical HCPs focussed on ‘unpacking the diagnosis’, explaining
the impact of an MNDD diagnosis on different aspects of a patient’s life. Although
the provision of written information could help in cases of limited consultation
times with neurologists, only 28% of participants in PP2 reported ‘always’
providing such information. Nevertheless, we believe that not being provided with
information at diagnosis could still be experienced as ‘abandonment’ by some

patients (PP1) even if they were aware that further appointments had been



scheduled for them. Moreover, some participants in PP3 mentioned that,
unfortunately, not all MNDDs patients were immediately referred to other HCPs
post diagnosis, which can be a missed opportunity for patients to receive tailored

information and support at such a critical stage of their illness journey.

The emotional experience of BBN: empathy, emotional involvement and
emotional impact

Acknowledging that receiving an MNDD diagnosis could be a life-changing
process for patients, participants in the qualitative studies (PP3, PP4) emphasised
that bad news should be broken in a sensitive and empathic manner. Although this
approach seems sensible, from the professional’s point of view, it could be
experienced as a paradox. One participant vividly compared sensitively delivering
an MND diagnosis to ‘punching someone, but gently’, indicating that such ‘terrible’
(their words) diagnoses will always be hard for patients to receive and for
professionals to give. However, professionals still tried to offer empathic and
sensitive consultations, for example by breaking the news gradually. Neurologists
in the [PA study (PP4) hoped that by assessing patients’ knowledge and
suspicions, explaining the neurological basis of their symptoms and including
some ‘warning shots’ before giving the name of the diagnosis, patients would be
more prepared and less shocked when hearing their diagnosis. Participants of the
qualitative studies also emphasised the need to both appear warm and
understanding, but also try to empathically understand the patient’s emotional

reactions to the news.



Generally, professionals appeared competent in naming the different
emotional reactions patients might exhibit and recognised that an MNDD
diagnosis could be shocking, triggering patient’s fears for all the different losses
that these diagnoses might signal. However, findings from the IPA study (PP4)
indicated that neurologists could not always empathise with patients. Participants
could not always understand patients’ intense reactions when they received a PD
or an MS diagnosis, or they could not attune their emotions and perspectives to
those held by patients. Although patients could be shocked or devastated by a PD
diagnosis, professionals sometimes viewed these diagnoses in more positive light,
comparing them with other more serious diagnoses. Participants viewed PD and
MS as benign diagnoses compared to MND and HD as they were not directly life-
threatening and could be treated. In addition, one participant admitted that her
difficulty in empathising with PD patients was also due to PD being a diagnosis she
commonly delivered multiple times a week. Professionals’ perspectives towards
these two conditions were therefore mostly based on their clinical experience and
a biomedical perspective which did not allow for a truly empathetic approach that
would acknowledge the physical and psychosocial connotations attached to these
diagnoses from the patient’s perspective. This considerable difference between
patients’ and doctors’ perspectives can potentially explain why some patients with
MS and PD have expressed their dissatisfaction with doctors who delivered the
diagnosis ‘routinely’, in ‘casual’, ‘business-like’ and ‘swift’ appointments (Edwards

et al., 2008; Peek, 2007) (PP1).

Although empathy was considered vital in BBN effectively, neurologists

also believed it ‘made the job harder’, making them vulnerable to distressing



emotions and prone to losing their objectivity and becoming emotionally over-
involved. There was a sense from some interviews that participants were - at least
initially - reluctant to address their own emotions when BBN, presenting an
experience of delivering bad news that was purely rational, stripped of emotion.
For example, one participant viewed it just as part of his job and another one
mentioned that it was easier to be emotionally detached than maintaining an
empathic approach when BBN. In addition, participants who felt comfortable in
discussing their emotions talked about the need for doctors to admit they are ‘only
human’and therefore susceptible to emotions. At the same time, they believed that
because patients should be the centre of the consultation, they had to remain
‘strong’ and be wary of becoming overinvolved. Participants’ accounts suggested
that it was the expected norm for doctors to hide their emotions, yet at the same
time they were expected to show empathy. These findings could potentially
explain why patient studies in the scoping review (PP1) often presented doctors
as being emotionless. Arguably, doctors do experience emotions during BBN
consultations but they either identify and then detach themselves from them to
remain objective and prevent emotional distress or they hide or ‘numb’ their
emotions to appear strong for the patient. In the first instance, doctors choose to
not engage or experience an emotion at all and in the second instance they do
experience an emotion but regulate their emotional expression to appear
composed. Nevertheless, both strategies could potentially be perceived negatively

by patients who prefer an empathic approach when receiving bad news.

Healthcare professionals across all the empirical studies of the thesis

agreed that BBN for MNDDs had an emotional impact on them. Although it was



not within the main aim of the TA study (PP3) to explore non-medical HCPs’
emotional experience of BBN, participants did mention that BBN was emotionally
difficult, using emotionally intense words to describe feeling ‘drained’, ‘exhausted’,
‘sad’ and ‘anxious’ when engaging with this task. The studies of neurologists’
perspectives (PP2, PP4) reported similar results, however IPA’s emphasis on lived
experience helped yield more nuanced findings on the emotional impact of being
the bearer of bad news. In the survey, more than half of respondents reported
experiencing at least moderate levels of stress and anxiety when BBN, while
participants in the IPA study discussed the experience of a build-up of tension that
peaked right before the name of the diagnosis was given. The impact of these
consultations could also stretch beyond the actual appointment, often leaving
doctors feeling exhausted and drained both mentally and physically. Apart from
the impact of delivering an MNDD diagnosis, participants also explained that being
exposed to patients’ emotional reactions to the news amplified their emotional
distress and feelings of sadness and sorrow. These two, active and passive, aspects
of breaking bad news, giving an MNDD diagnosis (active) and witnessing patients’
reactions to the news (passive) uncovered neurologists’ professional and personal
vulnerabilities. Because of the incurable and progressive nature of MNDDs,
participants experienced giving these diagnoses as causing harm (‘punching
someone’, ‘cutting someone’s life off, ‘wrecking someone’s life’). Participants
experienced guilt, responsibility and even powerlessness as professionals, feeling
that they could only offer a diagnosis without being able to balance it with a
curative treatment plan. Moreover, their exposure to patients’ suffering at
diagnosis, and the lack of clear causative factors for MNDDs, was a reminder of

their own vulnerability and mortality, especially when participants identified with



patients that had similar age, gender or life circumstances to them. These findings
regarding the intense emotional impact of BBN could further support the idea that
some professionals might choose to detach themselves emotionally to mitigate the

risk of emotional overload.

Providing emotional support

Apart from effective information provision and maintaining an empathic
approach, offering emotional support was another critical aspect of BBN
consultations. However, it was common across qualitative patient studies
included in our scoping review (PP1) to report patients’ dissatisfaction with the
lack of emotional support they received at diagnosis. Overall, dealing with
patients’ emotions was only perceived as a challenge by 25% of neurologists in
the survey study, yet participants in the IPA study did not provide information
about how they responded to patients’ emotions. Most participants emphasised
the need to allow patients to express their emotions and offer support through
being there and listening to them but did not discuss whether they further
explored these emotions with patients. This could potentially be linked with some
professionals’ reluctance to be emotionally involved with patients and lack of time
to engage in such discussions, while one participant in the IPA study believed that
the provision of emotional support was nurses’ responsibility and another one
believed patients’ emotions at diagnosis could not be managed at all. Information
provision about the healthcare support that patients could access and how their

symptoms could be managed were also considered as a form of emotional support



by neurologists and as a way to instil a sense of hope. Yet, findings from both
neurologist studies (PP2, PP4) suggested that some participants did not consider
promoting a sense of hope to patients with HD or MND, suggesting that hope in

the context of these two conditions would be false and unrealistic.

On the contrary, how non-medical HCPs offered emotional support when
BBN to newly diagnosed patients with MNDDs was a significant aspect of their
qualitative accounts. An entire theme of the TA study (PP3) was developed around
how participants empowered patients and helped them regain a sense of control
over their health and lives. HCPs offered emotional support not just through
information provision, but also through offering holistic assessments, allowing
patients to discuss what mattered to them the most and motivating and
encouraging them to sustain a positive outlook. Participants tried to instil a sense
of hope to all patients regardless of their diagnosis by focussing on what goals
could be achieved and on ways that a patient’s quality of life could be maintained
or improved. Non-medical HCPs were mostly working within a neuro-
rehabilitation model (Barnes, 2003) which they believed required from them to
be positive and motivating. This, along with the much longer appointments they
could offer, could potentially explain why their practice in terms of emotional

support differs significantly from that reported by neurologists.

Consultation duration and organisational factors

Maintaining a systems-informed approach throughout the research

process encouraged participants in all studies to reflect on the wider systems



factors that affected their practice. Organisational factors, mainly short
consultation slots and incapacity to offer quick follow-up appointments, severely
affected all aspects of neurologists’ practice of BBN for these conditions. Despite
the need for these diagnoses to be communicated effectively and the multi-faceted
and challenging nature of BBN as a communication task, neurologists were not
always provided with adequate time resources for these consultations. Although
the survey study (PP2) reported an average consultation time of about 30 minutes
for PD, MS and HD and 41 minutes for MND, a significant proportion of
neurologists (20% - 39% depending on the condition) reported spending 15 to 20
minutes to deliver a diagnosis. Additionally, participants in the IPA study
explained that they were sometimes only given 15-minute slots for these
appointments and another participant believed that five to ten minutes were
enough to deliver a PD diagnosis. Interestingly, some of the participants in the IPA
study (PP4) reported a flexibility in terms of the time they could dedicate for BBN,
but these participants either practised in a specialist clinic or in a rural area. On
the other hand, neurologists who ran general neurology clinics and practised in
large cities faced significant time restrictions, so they had to ‘clock watch’ and
often let their clinics overrun in order to deliver these diagnoses effectively.
Besides the IPA study, the impact of such organisational factors was also
highlighted by the plethora of qualitative comments provided by participants in
the survey study (PP2). It was generally felt that the optional space provided for
these comments was used by many participants to ‘defend’ themselves and their
practice and raise their concerns regarding the short time slots they were required
to adhere to and the long waiting lists for appointments. The waiting time for a

follow-up appointment for a patient with PD could be as long as 15 months, which



meant that professionals often had to break bad news to patients who were
unaccompanied to prevent additional diagnostic delay. Patients with MNDDs have
expressed their frustration with such short consultations (PP1) especially
knowing that it would be several months before they could see a doctor again.
These organisational restrictions arguably affected the quality of the consultations
that neurologists could offer as there was not always time for an adequate
explanation of the diagnosis or time for patients to ask questions and raise their
concerns. Moreover, being time-restricted when engaging in such a critical task
could be an additional distressing factor to an already emotionally burdensome
task. Itis noteworthy that non-medical professionals mentioned feeling ‘lucky’ and
‘privileged’ to be able to offer long consultations in their first appointments with

newly diagnosed patients, acknowledging that doctors did not have this ‘luxury’.

Training and BBN guidelines

Although most professionals in the empirical studies reported receiving
some training in BBN (83% of neurologists in the survey study, PP2), this was
mostly as a part of their core training. Participants rarely reported receiving
training during their specialist training, however neurologists did not believe that
lack of sufficient training had an impact on their practice. Nevertheless, both
medical (78.5% of survey participants) and non-medical professionals reported
at least moderate interest in receiving further training on BBN specifically for
MNDDs and responding to patients’ emotions. Professionals across studies
reported usually not following any specific guidelines for BBN and believed that

the best approach was to tailor their practice based on individual patients’ needs.



In addition, HCPs in the qualitative studies (PP3, PP4) reported engaging in self-
care activities and discussing difficult conversations with their colleagues as ways
to deal with the emotional toll of BBN, but no formal sources of emotional support

were identified.

Understanding HCPs' perspectives on BBN for MNDDs using

communication models

Communication can be understood as a goal-oriented, problem-solving
behaviour (Kellerman, 1992). Within healthcare, the overarching goal of
communication between HCPs and patients is the provision and receipt of high-
quality care that includes both the medical management of the disease and
attending to its psychosocial impact (Hack, Degner & Parker, 2005). Viewing
healthcare communication as goal-oriented behaviour, Hulsman (2009) proposed
a model that explained how HCPs detect goals and form responses in healthcare
encounters. This model can help summarise and interpret the main findings of the
thesis, especially regarding neurologists’ perspectives in delivering an MNDD

diagnosis.

The main reason for a healthcare encounter is called the primary goal,
which in our case is the delivery of an MNDD diagnosis. Secondary or sub-goals are
derived from the primary goal and reflect the different steps required to meet the
primary goal. In the context of BBN, assessing patients’ information preferences,
providing information and responding to patients’ emotional reactions are some

of the secondary goals of the encounter. The content of a consultation can



therefore depend on the set of secondary goals that a HCP believes are essential
in achieving the primary goal, but also the professional’s ability to identify
additional goals that arise from the interaction with patients, from their cues and
expressed needs (Hulsman, 2009). Cues often reflect patients’ concerns or
emotions and can be an important source of information for the detection of goals,
yet they are often missed by HCPs (Zimmermann, Del Piccolo & Finset, 2007).
Healthcare communication can be considered complex as HCPs are expected to
reach multiple goals, but also identify and shift through goals as the encounter
develops by appraising their qualities (Hulsman, 2009). Goals can be evaluated
and prioritised based on different properties such as their importance, difficulty
and specificity (Austin & Vancouver, 1996). Identifying goals and forming a
response is usually an automated process through the activation of cognitive
schemata or scripts (Kinderman & Humphris, 1995). Scripts reflect knowledge
structures that have been developed through experience and aid the identification
of goals and the selection of effective responses and behaviours to achieve these
goals. The process of shifting through and achieving goals via the formation of
effective responses relying on scripts can be affected by internal and contextual
factors, such as HCPs’ attitudes, social norms, stress and insufficient time

(Hulsman, 2009).

In the context of BBN, delivering a diagnosis is the primary goal and
secondary goals are determined by the set of sub-tasks that a HCP believes are
needed to effectively break bad news. Published guidelines for BBN (Baile et al,,
2000; Villagran, Goldsmith, Wittenberg-Lyles & Baldwin, 2010) can help

professionals by specifying the series of secondary goals and appropriate



responses which can facilitate an optimal diagnosis delivery. However,
participants in our empirical studies were not familiar with such guidelines.
Nevertheless, they acknowledged that alongside effective information provision
other important goals should be met when BBN for MNDDs, such as appropriately
assessing patients’ information needs and preferences and maintaining an
empathic approach. Yet, reported secondary goals, such as ‘showing empathy’ or
‘responding to patients’ emotions’, often lacked specificity, especially compared to
the goal of effectively assessing information needs, which participants could break
down into several sub-tasks (explicitly ask patients, double-check, assess cues
etc.). Lack of specificity can act as a constraint in the process of attaining a goal
and it could be linked with the unavailability of cognitive scripts that include a
repertoire of actions (e.g., ways to respond to patients’ emotions). A lack of such
scripts could be associated with minimal previous experience, avoidance of
responding to patients’ emotions or lack of relevant training. The perceived
difficulty of a goal can also determine whether it is achieved, for example one
participant mentioned that patients’ emotional reactions cannot be managed at
diagnosis whereas another one mentioned that it is hard to show empathy when
BBN. Such attitudes regarding the difficult of attaining emotion-related goals can

explain why patients’ emotional needs were not always attended to at diagnosis.

Moreover, the process of goal appraisal is prone to errors as goals can be
missed, different goals might be conflicting or there might be a mismatch between
patients’ and HCPs’ perspectives regarding the importance of different goals
(Burgoon, Berger & Waldron, 2000). Due to the impact of MNDDs on a physical,

cognitive and psychological level but also the uncertainty regarding their course



and prognosis, the amount of information and clarifications to be imparted at
diagnosis could be overwhelming. Information provision could therefore be
perceived as more important than providing emotional support, especially taking
time constraints into account. For participants in the IPA study, conflicting goals
was a common aspect of their experience of BBN which affected their practice.
Neurologists had to provide a comprehensive explanation of the diagnosis, but
also be wary of not providing more information than patients could handle. For
some of these goals, the perceived conflict was so intense that goals seemed
almost unattainable (e.g., delivering such devastating diagnoses while adopting a
sensitive approach and minimising patients’ distress). Some participants also had
to meet externally imposed goals to keep the consultation short (as short as 15
minutes), which made it impossible to meet the aim of adequately informing
patients about their diagnosis or investing time in exploring patients’ emotions.
On an emotional level, doctors also felt they had to conform to the cultural norm
within medicine that expects them to remain objective, avoid emotional
involvement or hide their emotions, while also showing an empathic
understanding of patients’ reactions (Kerasidou & Horn, 2016). The experience of
stress during healthcare encounters has been shown to be further intensified by
patients’ emotional cues and can limit professionals’ capacity to form a response.
Therefore, emotional detachment for some participants might have been the
chosen coping mechanism in order to meet the goal of ‘surviving’ a day full of
appointments, potentially having to manage several BBN consultations within a
day. Healthcare professionals’ attitudes can also help explain their communicative
behaviour. Professionals’ attitudes regarding psychosocial aspects of care can

affect their detection and response to emotional cues and their overall expression



of empathy (Levinson & Roter, 1995). Some participants in the [PA study showed
a reluctance to acknowledge the emotional aspects of BBN and one participant
believed emotional support was not within his professional remit, factors which
have probably influenced their practice in terms of identifying and managing

psychosocial goals in BBN consultations.

In summary, Hulsman'’s (2009) model illustrates the complexity of BBN as
a task that requires the identification and management of multiple, often
conflicting goals. Using this model permits an interpretation of professionals’
experience and practice. The multiple components of the model and the
recognition of both internal and external factors influencing the process of
healthcare communication can help identify areas of improvement and suggest
clinical and research implications of the findings of this thesis which will be

explored in the next section.

Implications for clinical practice

Implications for clinical practice have been presented within each
individual PP, however here we will provide a summary of these implications, also
drawing from the integration and interpretations of the findings from all studies.
Overall, clinical implications presented here are based on our findings on
professionals’ perspectives on BBN and also on comparing these findings with
those reported by pre-existing MNDD patient studies who have identified aspects

of BBN that could be improved.



In terms of information provision, neurologists in empirical studies of the
thesis seemed to provide a rich amount of information considering the often-
restricted consultation times. However, given the complex nature of MNDDs, most
participants agreed that they would need more than one consultation to deliver
the diagnosis effectively, an approach that has shown positive results in patients
with MND (Seeber et al., 2019). Providing an early follow-up consultation could
help patients prepare questions and absorb and retain information better.
Participants discussed the challenges of providing information about prognosis
because of the unpredictability of MNDDs, with some completely avoiding
providing information on prognosis and life expectancy to patients with HD and
MND. We suggest that providing information regarding the prognostic uncertainty
of MNDDs should be an essential part of patient education at diagnosis, tailored to
the specific questions and concerns expressed by patients. A communication guide
which aims to facilitate the discussion of personalised prognosis in MND (van
Eenennaam et al, 2020) could also help neurologists navigate these
conversations. In addition, the use of general information aids at diagnosis (e.g.
going through a navigable CD with information with the doctor) have also shown
promising results in increasing patients’ with MS knowledge about their condition
and satisfaction with diagnosis delivery (Boreanni et al., 2014; Solari, 2014). The
development and use of similar information aids for other MNDDs could be
beneficial. Based on previous patient feedback (Anestis et al, 2020; The
Neurological Alliance, 2019) we also suggest that written information about the
diagnosis and support organisations should also be provided at diagnosis as a

standard.



Findings from the current thesis suggest that professionals could benefit
from appropriate training and organisational support with managing the
emotional aspects of BBN, from providing emotional support to patients to dealing
with their own emotions during the process. Neurologists’ responses regarding
how they provided emotional support to patients often lacked detail which
indicated that they probably lacked the cognitive scripts and skills which could
allow them to manage this aspect of BBN. Increasing neurologists’ familiarity with
BBN guidance that emphasises the importance of emotional support (Villagran,
Goldsmith, Wittenberg-Lyles & Baldwin, 2010) during their formal specialist
training could be a start. In addition, training does not always have to be formal,
and neurologists can learn from each other’s practice and perspectives. The
attendance of Swartz Rounds, reflective staff meetings where the emotional and
social aspects of working in healthcare are discussed, has been associated with
increased management of emotional and psychosocial aspects of care and an
enhanced belief about the importance of empathy (Lown & Manning, 2010).
Providing hope, even to patients with MNDDs associated with a poor prognosis,
can be a way of providing emotional support. Professionals working with patients
with these conditions could reflect on their own conceptualisation of hope,
enhance their understanding of hope based on recent research findings (Soundy
etal, 2010) and adjust their practice based on patients’ need for different types of
hope (e.g., hope that support would be readily available throughout the disease
journey). Additionally, when providing emotional support, neurologists are
encouraged to set aside their own perspectives regarding the severity of a
condition and try to empathically adjust their approach to how patients

experience diagnosis delivery. Based on patients’ experiences highlighted by the



scoping review, it is likely that diagnosing doctors often avoid or fail to identify
and respond to patients’ existential pain and suffering at diagnosis. Suffering can
be defined as a ‘specific state of severe distress induced by the loss of integrity,
intactness, cohesiveness, or wholeness of the person, or by a threat that the person
believes will result in the dissolution of his or her integrity’ (Cassel, 1982, p. 639).
Besides focussing on how to treat physical suffering caused by the disease, it has
been argued that it is within doctors’ responsibility to also treat suffering on an
existential level (Coulehan, 2009). Neurologists could therefore explore what
receiving an MNDD diagnosis means for each individual patient, help patients feel
heard and understood through active listening and asking further questions on

the fears or concerns that patients might bring up (Coulehan et al., 2001).

However, the studies of this thesis showed that fear of becoming
overinvolved or emotionally overloaded and lack of time often hindered
neurologists’ intentions to provide a patient-centred and empathic diagnosis
delivery. Developing self-awareness, an understanding of one’s own beliefs,
emotions, response patterns, attitudes and values, can increase doctors’ empathy
(Davis, 1990) as well as their ability to maintain an emotional balance during
emotionally taxing tasks (Cole, 1997; Dobkin, 2011; Novak et al,, 1997) and is
associated with lower levels of compassion fatigue and burnout (Sanso et al,,
2015). Studies have shown that such self-awareness could be developed through
both mainstream approaches such as training on emotional management, also
more alternative approaches, such as spiritual and meditation practices (Sanso et
al,, 2015). In addition, self-awareness can be nurtured through reflection on one’s

practice (Sandars, 2009) and writing detailed reflective narratives after BBN



encounters could enhance medical trainees understanding of the complexity of
BBN and the emotional aspects of the process (Karnieli-Miller, Palombo & Meitar,
2018). Nevertheless, apart from investing in doctors’ training, organisations
should also provide working conditions which protect professionals from moral
distress and allows space for empathy and patient-centred practice. Kerasidou
and Horn (2016) argue that a general cultural change within medicine is still
needed so that the expression of compassion and empathy is not seen as a
supererogatory requirement or secondary to technical knowledge. As discussed
earlier, when breaking bad news, professionals were often expected to deal with
conflicting communication goals which could seem unattainable. Being time-
restricted and facing a heavy workload does not only affect the empathy shown by
professionals (Haslam, 2007) but can arguably limit the possibility of
professionals engaging in activities such as self-reflection and attending Swartz
Rounds groups. Limited consultation times and increased workload are associated
with current staff shortages in neurology which organisations urgently need to
tackle, especially within the context of the ageing population (Burton, 2018;
Majersik et al., 2021; Miyasaki et al., 2007; Nitkunan et al., 2020). Moreover, based
on patients’ often negative feedback (Anestis et al., 2020) which were confirmed
by professionals in this thesis reporting shorter consultation slots for people with
PD and MS, current consultation slots offered for patients with these conditions

should be reappraised.

Our findings from PP3 suggest that BBN for MNDDs should be perceived as
an ongoing process beyond the diagnostic consultation between the patient and a

neurologist. Non-medical HCPs had a critical role in providing information and



support to newly diagnosed patients. Their involvement in the process of BBN and
their ability to offer holistic and long consultations means they could have a
‘corrective’ role, especially in supporting patients who might have experienced
dissatisfaction with a blunt or short diagnostic consultation where minimal
amount of information was provided. In our opinion, referrals to specialist nurses
as the first point of contact soon after the diagnosis should be made as a standard
and assessing shortages of local availability of specialist nurses should be one of
the priorities of future evaluations of care. Furthermore, although currently
underrecognised, BBN should be acknowledged as a vital aspect of non-medical
HCPs’ practice. Non-medical HCPs who work with patients with MNDDs could be
supported with this aspect of their clinical work through the development of
training specifically for BBN for these conditions and through clinical supervision
that acknowledges the challenges and emotional impact of having these

challenging conversations.

Limitations and implications for future research

One of the strengths of the current thesis, its focus on BBN for four different
MNDDs, could also be considered one of its limitations. Although participants in
the empirical studies of the thesis were encouraged to provide elaborate answers
considering all four conditions, it is possible that specific challenges or intricacies
of the experience of BBN for a specific MNDD were not captured. Participants also
focussed less on difficult conversations in the context of HD, potentially because it
is a rarer condition. In addition, other rare MNDDs associated with a poor

prognosis, such as multiple system atrophy, progressive supranuclear palsy and



atypical parkinsonism, were not included in this study, mostly because of the
absence of empirical research on patients’ experience of diagnosis
communication. Future research could address more specific issues in relation to
BBN for specific conditions or disease phenotypes (e.g., primary progressive MS)
but also help develop an understanding of healthcare communication for the

lesser known MNDDs.

The survey’s relatively small sample size could also be considered a
limitation of the thesis. Although the survey findings were useful in providing a
context for the rest of the studies and helped inform the qualitative studies, the
sample size did not allow for any robust statistical analyses which could identify
statistically significant factors that affect neurologists’ reported practice. Future
quantitative investigations could also explore whether and how emotional aspects
of BBN highlighted by the IPA study, such as professionals’ emotional
involvement, affect their practice. A quantitative assessment of professionals’
(including professionals in training) needs in terms of guidance and support when
delivering an MNDD diagnosis could also help the development of specialised

guidelines for BBN and the establishment of support systems.

One of the main limitations of this thesis is that we did not conduct any
empirical studies on UK patients’ perspectives on diagnosis delivery and we relied
on data from pre-existing studies. Findings of the current thesis were therefore
often interpreted and contrasted to findings from patients’ studies which were
often conducted in the previous decade and in different countries, so they might

not fully reflect current UK patient experiences. Nevertheless, a large patient



experience survey conducted by The Neurological Alliance (2019) in the UK
advocated that diagnosis communication is still an aspect of neurological care that
requires improvement. Future research could adopt a dyadic, conversation
analysis methodology to address the findings of the current thesis and other
patient studies and explore how patients and HCPs influence each other’s
emotions, thoughts and behaviours, how HCPs respond to patients’ needs and how
principles of patient-centred care are reflected in such BBN consultations. The
consultations could be either audio (Schoenthaler, Basile, West & Kalet, 2018) or
video-recorded (Dooley, Bass & McCabe), therefore minimising the
methodological and ethical concerns that observation methodologies could raise.
Such qualitative explorations could also be enriched with the use of instruments
assessing HCPs’ skills in breaking bad news (Gutierrez-Sanchez, Garcia-Game,
Leiva-Santos & Lopez-Leiva, 2021) and longitudinal designs linking the diagnostic

experience with future outcomes in patients with MNDDs.

Moreover, although the thesis encompassed a contemporary approach that
viewed BBN as a process which is not confined to doctor-patient interactions at
diagnosis, it still focussed on the communication of bad news at early stages of
MNDDs. Further research could explore other forms of BBN at more advanced
stages of these conditions, such as the point that medication for PD is no longer

effective in managing symptoms or the transition into palliative care.



Conclusion

This thesis explored HCPs’ perspectives on breaking bad news to patients
with MNDDs. Providing data on neurologists’ current practice in the UK, exploring
non-medical HCPs’ involvement in BBN conversations with these patients and
qualitatively exploring neurologists’ lived experiences in giving these diagnoses
are the main contributions to knowledge of this thesis. Overall, professionals
viewed BBN as a critical aspect of their role and strived to maintain high standards
of practice. Yet, findings from the empirical studies of the thesis can help explain
why patient studies have often reported sub-optimal diagnostic experiences.
Besides the incurable and progressive nature of MNDDs and the uncertainty
surrounding their prognosis, professionals were also challenged by time
pressures, the emotional impact of BBN and difficulties in sharing the same
perspective with patients. Non-medical HCPs had a vital role in breaking bad news
to newly diagnosed patients with MNDDs, helping them understand the impact of
their condition and providing emotional support through these difficult
conversations. Enhancing our understanding on HCPs’ perspectives on BBN for
MNDDs can help in the development of appropriate training and organisational
changes to support professionals with this challenging aspect of their practice

which can eventually contribute to better patient care at diagnosis.



References

Abbaszadeh A, Ehsani SR. Nurses' perspectives on breaking bad news to patients
and their families: a qualitative content analysis. Journal of medical ethics

and history of medicine. 2014;7.

Abdo, W. F., Van De Warrenburg, B. P., Burn, D. ]., Quinn, N. P,, & Bloem, B. R.
(2010). The clinical approach to movement disorders. Nature Reviews

Neurology, 6(1), 29-37. http://dx.doi.org/10.1038/nrneurol.2009.196.

Abdulla, S., Vielhaber, S., Machts, J., Heinze, H. J., Dengler, R., & Petri, S. (2014).
Information needs and information-seeking preferences of ALS patients
and their carers. Amyotrophic Lateral Sclerosis and Frontotemporal
Degeneration, 15(7-8), 505-512.

https://doi.org/10.3109/21678421.2014.932385

Abrahams, S. (2013). ALS, cognition and the clinic. Amyotrophic Lateral Sclerosis
and Frontotemporal Degeneration, 14(1), 3-5.

https://doi.org/10.3109/216 78421.2013.760149

Adamec, 1., Barun, B., Gabeli¢, T., Zadro, I, & Habek, M. (2013). Delay in the

diagnosis of multiple sclerosis in Croatia. Clinical neurology and



neurosurgery, 115, S70-S72.

http://dx.doi.org/10.1016/j.clineuro.2013.09.025.

Aires A, Barros A, Machado C, Fitas D, Cacao G, Pedrosa R, et al. Diagnostic Delay
of Multiple Sclerosis in a Portuguese Population. Acta medica portuguesa.
2019;32(4):289-94.

https://doi.org/10.20344 /amp.11187

Alise, M. A,, & Teddlie, C. (2010). A continuation of the paradigm wars? Prevalence
rates of methodological approaches across the social/behavioral sciences.
Journal of mixed methods research, 4(2), 103-126.

https://doi.org/10.1177/1558689809360805

Almaguer, A., Garcia, L., Arnaud, D., Mendez, Y., Surani, S., Marik, P., Einav, S., &
Varon, J. (2017). Are we prepared to give bad news? An international
survey analysis. Chest, 152(4), A836.

https://doi.org/10.1016/j.chest.2017.08.869

Alshami, A., Douedi, S., Avila-Ariyoshi, A., Alazzawi, M., Patel, S., Einav, S, .. &
Varon, J. (2020, December). Breaking bad news, a pertinent yet still an
overlooked skill: an International Survey Study. In Healthcare (Vol. 8, No.
4, p. 501). Multidisciplinary Digital Publishing Institute.

https://doi.org/10.3390 /healthcare8040501




Amato, M. P, Langdon, D., Montalban, X., Benedict, R. H., DeLuca, ]., Krupp, L. B,, ...
& Comi, G. (2013). Treatment of cognitive impairment in multiple
sclerosis: position paper. Journal of neurology, 260(6), 1452-1468.

https://doi.org/10.1007/s00415-012-6678-0

Andersen, P. M., Abrahams, S., Borasio, G. D., de Carvalho, M., Chio, A., EFNS Task
Force on Diagnosis and Management of Amyotrophic Lateral Sclerosis, et
al. (2012). EFNS guidelines on the clinical management of amyotrophic
lateral sclerosis (MALS)-revised report of an EFNS task force. European
journal of neurology, 19(3), 360-375.

https://doi.org/10.1111/j.1468-1331.2011.03501.x

Anestis E, Eccles F, Fletcher I, French M, Simpson ]. Giving and receiving a
diagnosis of a progressive neurological condition: A scoping review of
doctors' and patients' perspectives. Patient Educ Couns.
2020;103(9):1709-23.

https://doi.org/10.1016/j.pec.2020.03.023

Anestis E, Eccles FJ, Fletcher I, Simpson ]. Neurologists' current practice and
perspectives on communicating the diagnosis of a motor
neurodegenerative condition: a UK survey. BMC neurology. 2021;21(1):1-

9. https://doi.org/10.1186/s12883-021-02062-6

Aoun SM, Breen L], Edis R, Henderson RD, Oliver D, Harris R, et al. Breaking the
news of a diagnosis of motor neurone disease: A national survey of

neurologists' perspectives. ] Neurol Sci. 2016;367:368-74.



https://doi.org/10.1016/].jns.2016.06.033

Aoun SM, Breen L], Howting D, Edis R, Oliver D, Henderson R, et al. Receiving the
news of a diagnosis of motor neuron disease: What does it take to make it
better? Amyotroph Lateral Scler Frontotemporal Degener. 2016;17(3-
4):168-78.

https://doi.org/10.3109/21678421.2015.1111907

Aoun SM, O'Brien MR, Breen L], O'Connor M. 'The shock of diagnosis': Qualitative
accounts from people with Motor Neurone Disease reflecting the need for
more person-centred care. ] Neurol Sci. 2018;387:80-4.

https://doi.org/10.1016/].jns.2018.01.026

Aoun, S. M., Hogden, A., & Kho, L. K. (2018). "Until there is a cure, there is care": A
person-centered approach to supporting the wellbeing of people with
Motor Neurone Disease and their family carers. European Journal for
Person Centered Healthcare, 6(2), 320-328.

https://doi.org/10.5750/ejpch.v6i2.1488

Arber A, Gallagher A. Breaking bad news revisited: the push for negotiated
disclosure and changing practice implications. International Journal of
Palliative Nursing. 2003;9(4):166-72.

https://doi.org/10.12968/ijpn.2003.9.4.11497




Arksey, H., & O'Malley, L. (2005). Scoping studies: towards a methodological
framework. International journal of social research methodology, 8(1),

19-32. https://doi.org/10.1080/1364557032000119616

Asano, M., & Finlayson, M. L. (2014). Meta-analysis of three different types of
fatigue management interventions for people with multiple sclerosis:
exercise, education, and medication. Multiple sclerosis international,

2014. https://doi.org/10.1155/2014 /798285

Austin, ]J. T., & Vancouver, J. B. (1996). Goal constructs in psychology: Structure,
process, and content. Psychological bulletin, 120(3), 338.

https://doi.org/10.1037/0033-2909.120.3.338

Bachoud-Lévi, A. C,, Ferreira, J., Massart, R., Youssov, K., Rosser, A,, Busse, M,, ... &
Burgunder, J. M. (2019). International guidelines for the treatment of
Huntington's disease. Frontiers in neurology, 10, 710.

https://doi.org/10.3389 /fneur.2019.00710

Baile, W. F.,, Buckman, R,, Lenzi, R,, Glober, G., Beale, E. A., & Kudelka, A. P. (2000).
SPIKES-a six-step protocol for delivering bad news: application to the
patient with cancer. The oncologist, 5(4), 302-311.

https://doi.org/10.1634 /theoncologist.5-4-302




Baile, W. F,, Lenzi, R, Parker, P. A.,, Buckman, R., & Cohen, L. (2002). Oncologists'
attitudes toward and practices in giving bad news: an exploratory study.
Journal of Clinical Oncology, 20(8), 2189-2196.

https://doi.org/10.1200/]C0.2002.08.004

Ball L], Beukelman DR, Pattee GL. Communication effectiveness of individuals with
amyotrophic lateral sclerosis. Journal of Communication Disorders.
2004;37(3):197-215.

https://doi.org/10.1016/j.jcomdis.2003.09.002

Barker-Collo, S., Cartwright, C., & Read, ]. (2006). Into the unknown: the
experiences of individuals living with multiple sclerosis. Journal of
Neuroscience Nursing, 38(6), 435.

https://doi.org/10.1097/01376517-200612000-00008

Barnard, D. (2016). Vulnerability and trustworthiness: Polestars of
professionalism in healthcare. Cambridge Quarterly of Healthcare Ethics,
25(2), 288-300.

https://doi.org/10.1017/S0963180115000596

Barnes, M. P. (2003). Principles of neurological rehabilitation. Journal of
Neurology, Neurosurgery & Psychiatry, 74(suppl 4), iv3-iv7.

https://doi.org/10.1136/jnnp.74.suppl 4.iv3




Bates, G. P, Dorsey, R, Gusella, ]. F., Hayden, M. R, Kay, C., Leavitt, B.R,, ... & Tabrizi,
S.]. (2015). Nat Rev Dis Primers. Huntington disease, 1.

https://doi.org/10.1038/nrdp.2015.5

Batista, P., & Pereira, A. (2016). Quality of life in patients with neurodegenerative

diseases. dimensions, 1, 3. https://doi.org/10.21767/2171-6625.100074

Bazeley, P. (2017). Integrating analyses in mixed methods research. Sage.

https://doi.org/10.4135/9781526417190

Beisecker, A. E., Cobb, A. K,, & Ziegler, D. K. (1988). Patients' perspectives of the
role of care providers in amyotrophic lateral sclerosis. Archives of
neurology, 45(5), 553-556.

https://doi.org/10.1001/archneur.1988.00520290089019

Berkey, F. ]., Wiedemer, J. P., & Vithalani, N. D. (2018). Delivering bad or life-

altering news. American family physician, 98(2), 99-104.)

Bhaskar, R. (2008). A realist theory of science. Medical history (Vol. 25). London:

Verso. https://doi.org/10.2307 /2184170

Bhaskar, R. (2013). A realist theory of science. Routledge.

https://doi.org/10.4324/9780203090732

Bilney, B., Morris, M. E,, & Perry, A. (2003). Effectiveness of physiotherapy,

occupational therapy, and speech pathology for people with Huntington's



disease: a systematic review. Neurorehabilitation and neural repair,

17(1), 12-24. https://doi.org/10.1177/0888439002250448

Bishop, F. L. (2015). Using mixed methods research designs in health psychology:
An illustrated discussion from a pragmatist perspective. British journal of

health psychology, 20(1), 5-20. https://doi.org/10.1111/bjhp.12122

Bjornestad, A., Tysnes, O. B, Larsen, J. P, & Alves, G. (2016). Loss of independence
in early Parkinson disease: a 5-year population-based incident cohort
study. Neurology, 87(15), 1599-1606.

https://doi.org/10.1212 /WNL.0000000000003213

Bloem, B. R., & Stocchi, F. (2012). Move for change part I: a European survey
evaluating the impact of the EPDA charter for people with Parkinson's
disease. European journal of neurology, 19(3), 402-410.

https://doi.org/10.1111/j.1468-1331.2011.03532.x

Borreani, C., Giordano, A., Falautano, M., Lugaresi, A., Martinelli, V., Granella, F.,, ...
& SIMS-Trial group. (2014). Experience of an information aid for newly
diagnosed multiple sclerosis patients: a qualitative study on the SIMS-
Trial. Health Expectations, 17(1), 36-48.

https://doi.org/10.1111/j.1369-7625.2011.00736.x




Bousquet, G., Orri, M., Winterman, S., Brugiére, C., Verneuil, L., & Revah-Levy, A.
(2015). Breaking bad news in oncology: a metasynthesis. Journal of
Clinical Oncology, 33(22), 2437-2443.

https://doi.org/10.1200/]C0.2014.59.6759

Brashers, D. E. (2001). Communication and uncertainty management. Journal of
communication, 51(3), 477-497.

https://doi.org/10.1111/j.1460-2466.2001.tb02892.x

Braun, V., & Clarke, V. (2019). Reflecting on reflexive thematic analysis. Qualitative
Research in Sport, Exercise and Health, 11(4), 589-597.

https://doi.org/10.1080/2159676X.2019.1628806

Braun, V., & Clarke, V. (2021). To saturate or not to saturate? Questioning data
saturation as a useful concept for thematic analysis and sample-size
rationales. Qualitative research in sport, exercise and health, 13(2), 201-

216. https://doi.org/10.1080/2159676X.2019.1704846

Bredart, A., Bouleug, C., & Dolbeault, S. (2005). Doctor-patient communication and
satisfaction with care in oncology. Current opinion in oncology, 17(4),

351-354. https://doi.org/10.1097/01.cc0.0000167734.26454.30

Breen, D. P., Evans, J. R, Farrell, K, Brayne, C., & Barker, R. A. (2013). Determinants
of delayed diagnosis in Parkinson's disease. Journal of neurology, 260(8),

1978-1981. https://doi.org/10.1007/s00415-013-6905-3




British Psychological Society (2021). Psychological interventions for people with
Huntington's disease, Parkinson's disease, motor neurone disease, and

multiple sclerosis: Evidence-based guidance. Leicester: Author.

Brown-Saltzman, K., Patricia Jakel, M. N., & Ann-Marie Rounkle, M. S. N. (2012).
Nurses' responses to ethical challenges in oncology practice: an
ethnographic study. Clinical Journal of Oncology Nursing, 16(6), 592.

https://doi.org/10.1188/12.CJON.592-600

Brown, V. A,, Parker, P. A, Furber, L., & Thomas, A. L. (2011). Patient preferences
for the delivery of bad news-the experience of a UK Cancer Centre.
European journal of cancer care, 20(1), 56-61.

https://doi.org/10.1111/j.1365-2354.2009.01156.x

Buckman, R. (1995). Breaking bad news: why is it still so difficult?. by D.

Dickenson. London: ]J. Malcom, SAGE Publications, 172-179.

Burgoon, J.K,, Berger, C.R,, & Waldron, V. R. (2000). Mindfulness and interpersonal
communication. Journal of Social Issues, 56(1), 105-127.

https://doi.org/10.1111/0022-4537.00154

Biirli, R. W,, Thomas, E., & Beaumont, V. (2010). The role of histone deacetylases
in neurodegenerative diseases and small-molecule inhibitors as a
potential therapeutic approach. In Neurodegenerative Diseases (pp. 1-
56). Springer, Berlin, Heidelberg.

https://doi.org/10.1007/7355 2010 10




Burton, A. (2018). How do we fix the shortage of neurologists?. The Lancet
Neurology, 17(6), 502-503.

https://doi.org/10.1016/S1474-4422(18)30143-1

Burton, L. ], Forster, A., Johnson, |., Crocker, T. F.,, Tyson, S. F., Wray, F., & Clarke, D.
J. (2021). Experiences and views of receiving and delivering information
about recovery in acquired neurological conditions: a systematic review
of qualitative literature. BM] open, 11(4), e045297.

https://doi.org/10.1136 /bmjopen-2020-045297

Butow, P. N,, Kazemi, ]J. N., Beeney, L. ]., Griffin, A. M., Dunn, S. M., & Tattersall, M.
H. (1996). When the diagnosis is cancer: patient communication
experiences and preferences. Cancer: Interdisciplinary International
Journal of the American Cancer Society, 77(12), 2630-2637.

https://doi.org/10.1002/(SIC1)10970142(19960615)77:12<2630::AID-

CNCR29>3.0.C0O;2-S

Buzzard, K., Chan, W. H,, Kilpatrick, T., & Murray, S. (2017). Multiple sclerosis:
basic and clinical”, in P. Beart, M. Robinson, M. Rattray & N. ]. Maragakis
(Eds.), Neurodegenerative Diseases: Pathology, Mechanisms, and
Potential Therapeutic Targets. (pp. 211-252). Springer International

Publishing.



Bylund, C. L., Peterson, E. B.,, & Cameron, K. A. (2012). A practitioner's guide to
interpersonal communication theory: An overview and exploration of
selected theories. Patient education and counseling, 87(3), 261-267.

https://doi.org/10.1016/j.pec.2011.10.006

Callagher, P., Mitchell, D., Bennett, W., & Addison-Jones, R. (2009). Evaluating a
fast-track service for diagnosing MND/ALS against traditional pathways.
British Journal of Neuroscience Nursing, 5(7), 322-325.

https://doi.org/10.12968/bjnn.2009.5.7.43241

Cameron, K. A., de Haes, H., & Visser, A. (2009). Theories in health communication
research. Patient education and counseling, 3(74), 279-281.

https://doi.org/10.1016/j.pec.2008.12.021

Carel, H. (2009). A reply to 'Towards an understanding of nursing as a response to
human vulnerability'by Derek Sellman: vulnerability and illness. Nursing
Philosophy, 10(3), 214-219.

https://doi.org/10.1111/j.1466-769X.2009.00401.x

Cassell, E.]. (1982). The nature of suffering and the golas of medicine. N Engl ] Med,

306, 639-645. https://doi.org/10.1056/NEJM198203183061104

Charlesworth, J. M., & McManus, E. (2017). Delivering patient-centred care in rural

family practice: using the patient's concept of health to guide treatment.

BM] Case Reports. https://doi.org/10.1136/bcr-2016-216618



Chaudhuri, K. R., Healy, D. G., & Schapira, A. H. (2006). Non-motor symptoms of
Parkinson's disease: diagnosis and management. The Lancet Neurology,

5(3), 235-245. https://doi.org/10.1016/S1474-4422(06)70373-8

Cheng, B. B.,, Worrall, L. E., Copland, D. A., & Wallace, S. J. (2020). Prognostication
in post-stroke aphasia: How do speech pathologists formulate and deliver
information about recovery?. International journal of language &

communication disorders, 55(4), 520-536.

Delivering patient-centred care in rural family practice: using the patient's

concept of health to guide treatment

https://doi.org/10.1111/1460-6984.12534

Chio, A., Logroscino, G., Hardiman, O., Swingler, R., Mitchell, D., Beghi, E,, ... & Eurals
Consortium. (2009). Prognostic factors in ALS: a critical review.
Amyotrophic lateral sclerosis, 10(5-6), 310-323.

https://doi.org/10.3109/17482960802566824

Chio, A., Montuschi, A., Cammarosano, S., De Mercanti, S., Cavallo, E., Ilardj, A., ... &
Calvo, A. (2008). ALS patients and caregivers communication preferences
and information seeking behaviour. European Journal of Neurology,

15(1), 55-60.



Chio, A, Silani, V., & Italian ALS Study Group. (2001). Amyotrophic lateral sclerosis
care in Italy: a nationwide study in neurological centers. Journal of the
neurological sciences, 191(1-2), 145-150.

https://doi.org/10.1016/S0022-510X(01)00622-0

Clark, A. M,, Lissel, S. L., & Davis, C. (2008). Complex critical realism: tenets and
application in nursing research. Advances in Nursing Science, 31(4), E67-

E79. https://doi.org/10.1097/01.ANS.0000341421.34457.2a

Clayton, J. M., Butow, P. N,, Arnold, R. M., & Tattersall, M. H. (2005). Fostering
coping and nurturing hope when discussing the future with terminally ill
cancer patients and their caregivers. Cancer, 103(9), 1965-1975.

https://doi.org/10.1002/cncr.21011

Clayton, J. M., Hancock, K. M., Butow, P. N., Tattersall, M. H., & Currow, D. C. (2007).
Clinical practice guidelines for communicating prognosis and end-of-life
issues with adults in the advanced stages of a life-limiting illness, and their
caregivers. The Medical Journal of Australia, 186(12), S77.

https://doi.org/10.5694/j.1326-5377.2007.tb01100.x

Clayton, ]J. M., Hancock, K., Parker, S., Butow, P. N.,, Walder, S., Carrick, S, ... &
Tattersall, M. H. (2008). Sustaining hope when communicating with
terminally ill patients and their families: a systematic review. Psycho-

Oncology: Journal of the Psychological, Social and Behavioral Dimensions

of Cancer, 17(7), 641-659. https://doi.org/10.1002/pon.1288




Cole, R. (1997). Meditation in palliative care-a practical tool for self-management.
Palliative medicine, 11(5), 411-413.

https://doi.org/10.1177/026921639701100513

Colligan, E., Metzler, A., & Tiryaki, E. (2017). Shared decision-making in multiple
sclerosis. Multiple Sclerosis Journal, 23(2), 185-190.

https://doi.org/10.1177/1352458516671204

Costelloe, L., Fletcher, |., & Fitzgerald, D. (2016). Neuroinflammatory Disorders. In
Neurodegenerative Disorders (pp. 269-287). Springer, Cham.

https://doi.org/10.1007/978-3-319-23309-3 15

Coulehan, ]J. (2005). Today's Professionalism: Engaging the Mind but Not the
Heart. Academic medicine, 80(10), 892-898.

https://doi.org/10.1097/00001888-200510000-00004

Coulehan, J. (2009). Compassionate solidarity: suffering, poetry, and medicine.
Perspectives in biology and medicine, 52(4), 585-603.

https://doi.org/10.1353/pbm.0.0130

Coulehan, |. L, Platt F. W., Egener B,, Frankel R, Lin C., Lown B,. Salazar W. H,,
(2001). "Let me see if i have this right ...": Words that help build empathy.
Ann Intern Med. 135, 221-227.

https://doi.org/10.7326/0003-4819-135-3-200108070-00022




Creswell, ]. W,, & Clark, V. L. P. (2017). Designing and conducting mixed methods

research. Sage publications.

Cunningham, C. T., Quan, H., Hemmelgarn, B., Noseworthy, T., Beck, C. A., Dixon, E.,
.. & Jetté, N. (2015). Exploring physician specialist response rates to web-
based surveys. BMC medical research methodology, 15(1), 1-8.

https://doi.org/10.1186/s12874-015-0016-z

Curtis, ]. R, Engelberg, R,, Young, J. P,, Vig, L. K,, Reinke, L. F., Wenrich, M. D., ... &
Back, A. L. (2008). An approach to understanding the interaction of hope
and desire for explicit prognostic information among individuals with
severe chronic obstructive pulmonary disease or advanced cancer.
Journal of palliative medicine, 11(4), 610-620.

https://doi.org/10.1089/jpm.2007.0209

Dallara, A, & Tolchin, D. W. (2014). Emerging subspecialties in neurology:
palliative care. Neurology, 82(7), 640-642.

https://doi.org/10.1212 /WNL.0000000000000121

Davis, C. M. (1990). What is empathy, and can empathy be taught?. Physical
therapy, 70(11), 707-711.

https://doi.org/10.1093/ptj/70.11.707




Davis, K., Schoenbaum, S. C, & Audet, A. M. (2005). A 2020 vision of patient-
centered primary care. Journal of general internal medicine, 20(10), 953-

957. https://doi.org/10.1111/j.1525-1497.2005.0178.x

De Haes, H., & Bensing, ]. (2009). Endpoints in medical communication research,
proposing a framework of functions and outcomes. Patient education and
counseling, 74(3), 287-294.

https://doi.org/10.1016/j.pec.2008.12.006

Dean, A., & Willis, S. (2016). The use of protocol in breaking bad news: evidence
and ethos. International journal of palliative nursing, 22(6), 265-271.

https://doi.org/10.12968/iipn.2016.22.6.265

DeForge, R., & Shaw, J. (2012). Back-and fore-grounding ontology: exploring the
linkages between critical realism, pragmatism, and methodologies in
health & rehabilitation sciences. Nursing inquiry, 19(1), 83-95.

https://doi.org/10.1111/j.1440-1800.2011.00550.x

Degenhardt, A., Ramagopalan, S. V., Scalfari, A,, & Ebers, G. C. (2009). Clinical
prognostic factors in multiple sclerosis: a natural history review. Nature
Reviews Neurology, 5(12), 672-682.

https://doi.org/10.1038 /nrneurol.2009.178

Del Piccolo, L., Pietrolongo, E., Radice, D., Tortorella, C., Confalonieri, P., Pugliatti,

M., .. & AutoMS Project. (2015). Patient expression of emotions and



neurologist responses in first multiple sclerosis consultations. PLoS One,

10(6), €0127734. https://doi.org/10.1371 /journal.pone.0127734

Delgado, J. (2021). Vulnerability as a key concept in relational patient-centered
professionalism. Medicine, Health Care and Philosophy, 24(2), 155-172.

https://doi.org/10.1007/s11019-020-09995-8

Delvaux, N., Merckaert, I., Marchal, S., Libert, Y., Conradt, S., Boniver, |., ... & Razavi,
D. (2005). Physicians' communication with a cancer patient and a relative:
a randomized study assessing the efficacy of consolidation workshops.
Cancer: Interdisciplinary International Journal of the American Cancer

Society, 103(11), 2397-2411. https://doi.org/10.1002/cncr.21093

Dennison, L., McCloy Smith, E., Bradbury, K., & Galea, I. (2016). How do people with
multiple sclerosis experience prognostic uncertainty and prognosis
communication? A qualitative study. PloS one, 11(7), e0158982.

https://doi.org/10.1371 /journal.pone.0158982

Department of Health. (2010). Invisible patients: Report of the Working Group on
the health of  health professionals. Available from:

https://webarchive.nationalarchives.gov.uk/20130123201334 /http://

www.dh.gov.uk/en/Publicationsandstatistics /Publications /Publications

PolicyAndGuidance/DH 113540




Dewar, A. (2000). Nurses' experiences in giving bad news to patients with spinal
cord injuries. Journal of Neuroscience Nursing, 32(6), 324.

https://doi.org/10.1097/01376517-200012000-00006

Dissanayaka, N. N, Sellbach, A., Matheson, S., O'Sullivan, J. D., Silburn, P. A., Byrne,
G.]., ... & Mellick, G. D. (2010). Anxiety disorders in Parkinson's disease:
Prevalence and risk factors. Movement Disorders, 25(7), 838-845.

https://doi.org/10.1002/mds.22833

Dobkin, P. L. (2011). Mindfulness and whole person care. In Whole Person Care
(pp- 69-82). Springer, New York, NY.

https://doi.org/10.1007/978-1-4419-9440-0 7

Dooley, ], Bass, N., & McCabe, R. (2018). How do doctors deliver a diagnosis of
dementia in memory clinics?. The British Journal of Psychiatry, 212(4),

239-245. https://doi.org/10.1192 /bjp.2017.64

Dumas, E. M., Van Den Bogaard, S. ]., Middelkoop, H. A., & Roos, R. A. (2013). A
review of cognition in Huntington's disease. Front Biosci (Schol Ed), 5(2),

1-18. https://doi.org/10.2741/S355

Dwarswaard, ]., Bakker, E. ], van Staa, A., & Boeije, H. R. (2016). Self-management

support from the perspective of patients with a chronic condition: a



thematic synthesis of qualitative studies. Health Expectations, 19(2), 194-

208. https://doi.org/10.1111/hex.12346

Eccles, F. ]., & Simpson, J. (2011). A review of the demographic, clinical and
psychosocial correlates of perceived control in three chronic motor
illnesses. Disability and rehabilitation, 33(13-14), 1065-1088.

https://doi.org/10.3109/09638288.2010.525287

Edmonds, P., Vivat, B, Burman, R,, Silber, E., & Higginson, 1. J. (2007). Loss and
change: experiences of people severely affected by multiple sclerosis.
Palliative Medicine, 21(2), 101-107.

https://doi.org/10.1177/0269216307076333

Edwards, R. G., Barlow, |J. H., & Turner, A. P. (2008). Experiences of diagnosis and
treatment among people with multiple sclerosis. Journal of evaluation in
clinical practice, 14(3), 460-464.

https://doi.org/10.1111/j.1365-2753.2007.00902.x

Elwyn, G., Frosch, D., Thomson, R., Joseph-Williams, N., Lloyd, A., Kinnersley, P, ...
& Barry, M. (2012). Shared decision making: a model for clinical practice.
Journal of general internal medicine, 27(10), 1361-1367.

https://doi.org/10.1007/s11606-012-2077-6




Engward, H., & Goldspink, S. (2020). Lodgers in the house: living with the data in
interpretive phenomenological analysis research. Reflective Practice,

21(1), 41-53. https://doi.org/10.1080/14623943.2019.1708305

Espinosa, E., Barén, M. G., Zamora, P., Ordonez, A., & Arranz, P. (1996). Doctors also

suffer when giving bad news to cancer patients. Supportive care in cancer,

4(1), 61-63. https://doi.org/10.1007/BF01769878

Evans, S. ], Douglas, 1., Rawlins, M. D., Wexler, N. S., Tabrizi, S. ]J., & Smeeth, L.
(2013). Prevalence of adult Huntington's disease in the UK based on
diagnoses recorded in general practice records. Journal of Neurology,
Neurosurgery & Psychiatry, 84(10), 1156-1160.

https://doi.org/10.1136/jnnp-2012-304636

Fallowfield, L., & Jenkins, V. (2004). Communicating sad, bad, and difficult news in
medicine. The Lancet, 363(9405), 312-319.

https://doi.org/10.1016/S0140-6736(03)15392-5

Ferguson W], Candib LM. Culture, language, and the doctor-patient relationship.

FMCH Publications and Presentations. 2002:61.

Fetters, M. D., Curry, L. A, & Creswell, ]. W. (2013). Achieving integration in mixed
methods designs-principles and practices. Health services research,
48(6pt2), 2134-2156.

https://doi.org/10.1111/1475-6773.12117




Figley CR. (2012) The empathic response in clinical practice: antecedents and
consequences. In: Decety ], editor. Empathy: From Bench to Bedside.
Cambridge, MA: MIT Press.

https://doi.org/10.7551 /mitpress/9780262016612.003.0015

Filippi, M., Bar-Or, A., Piehl, F. et al. Multiple sclerosis. Nat Rev Dis Primers 4, 43

(2018). https://doi.org/10.1038/s41572-018-0041-4

Filippi, M., Rocca, M. A,, Ciccarelli, O., De Stefano, N., Evangelou, N., Kappos, L., ... &
MAGNIMS Study Group. (2016). MRI criteria for the diagnosis of multiple
sclerosis: MAGNIMS consensus guidelines. The Lancet Neurology, 15(3),

292-303. https://doi.org/10.1016/S1474-4422(15)00393-2

Fineman, M. A. (2012). Elderly as vulnerable: rethinking the nature of individual
and societal responsibility. Elder L], 20, 71.

https://doi.org/10.2139/ssrn.2088159

Finlay, L., & Gough, B. (Eds.). (2008). Reflexivity: A practical guide for researchers

in health and social sciences. John Wiley & Sons.

Finset, A. (2012). "I am worried, Doctor!" Emotions in the doctor-patient
relationship. Patient education and counseling, 88(3), 359-363.

https://doi.org/10.1016/j.pec.2012.06.022




Foley, G. Timonen, V., & Hardiman, O. (2012). Experience of services as a key
outcome in amyotrophic lateral sclerosis (ALS) care: the case for a better
understanding of patient experiences. American Journal of Hospice and
Palliative Medicine, 29(5), 362-367.

https://doi.org/10.1177/1049909111423774

Foley, G., Timonen, V., & Hardiman, O. (2012). Patients' perceptions of services and
preferences for care in amyotrophic lateral sclerosis: a review.
Amyotrophic Lateral Sclerosis, 13(1), 11-24.

https://doi.org/10.3109/17482968.2011.607500

Fontes, C. M. B, Menezes, D. V. D, Borgato, M. H.,, & Luiz, M. R. (2017).
Communicating bad news: an integrative review of the nursing literature.
Revista brasileira de enfermagem, 70, 1089-1095.

https://doi.org/10.1590/0034-7167-2016-0143

Franke, C., & Storch, A. (2017). Nonmotor fluctuations in Parkinson's disease.
International review of neurobiology, 134, 947-971.

https://doi.org/10.1016/bs.irn.2017.05.021

Freshwater, D., & Fisher, P. (2015). Mixed methods: Dissonance and values in

research with marginalized groups.

https://doi.org/10.1093 /oxfordhb/9780199933624.013.43




Friedrichsen, M., & Milberg, A. (2006). Concerns about losing control when
breaking bad news to terminally ill patients with cancer: physicians'
perspective. Journal of palliative medicine, 9(3), 673-682.

https://doi.org/10.1089 /jpm.2006.9.673

Frost, N. A,, & Shaw, R. L. (2015). Evolving mixed and multimethod in Psychology.
In S. N. Hesse-Biber & R. B. Johnson (Eds.), The Oxford handbook of
multimethod and mixed methods research inquiry (pp. 375-392). Oxford
University Press.

https://doi.org/10.1093 /oxfordhb/9780199933624.013.24

Gage, N. L. (1989). The paradigm wars and their aftermath: A "historical" sketch
of research and teaching since 1989. Educational Researcher, 18(7), 4-10.

https://doi.org/10.3102/0013189X018007004

Gallagher, D. A, Lees, A. ], & Schrag, A. (2010). What are the most important
nonmotor symptoms in patients with Parkinson's disease and are we
missing them?. Movement Disorders, 25(15), 2493-2500.

https://doi.org/10.1002/mds.23394

Galvin, M., Ryan, P., Maguire, S., Heverin, M., Madden, C., Vajda, A, ... & Hardiman,
0. (2017). The path to specialist multidisciplinary care in amyotrophic
lateral sclerosis: a population-based study of consultations, interventions

and costs. PloS one, 12(6), e0179796.



https://doi.org/10.1371/journal.pone.0179796

Garlovsky, J. K., Overton, P. G., & Simpson, J. (2016). Psychological predictors of
anxiety and depression in Parkinson's disease: a systematic review.
Journal of clinical psychology, 72(10), 979-998.

https://doi.org/10.1002 /jclp.22308

Gauthier, D. M. (2008). Challenges and opportunities: communication near the end

of life. Medsurg Nursing, 17 (5), 291-296.

Gleichgerrcht, E., & Decety, J. (2011). 14 The costs of empathy among health
professionals. Empathy: From bench to bedside, 9, 245.

https://doi.org/10.7551 /mitpress/9780262016612.003.0014

Global Parkinson's Disease Survey (GPDS) Steering Committee. (2002). Factors
impacting on quality of life in Parkinson's disease: results from an
international survey. Movement Disorders, 17(1), 60-67.

https://doi.org/10.1002/mds.10010

Gofton TE, Jog M (2008) Diagnosing Parkinson's disease: The patient perspective.
Can J Neurol Sci 35(4): 510-2.

http://dx.doi.org/10.1017/S0317167100009227

Golbe, L. 1. (1991). Young-onset Parkinson's disease: a clinical review. Neurology,

41(2 Part 1), 168-168. https://doi.org/10.1212/WNL.41.2 Part 1.168




Gold, R, & Gold, A. (2021). The experience of speech-language therapists and
audiologists when delivering bad news: A qualitative analysis.
International Journal of Language & Communication Disorders, 56(2),

402-414. https://doi.org/10.1111/1460-6984.12612

Goldenberg M. M. (2012). Multiple sclerosis review. P & T: A peer-reviewed

journal for formulary management, 37(3), 175-184.

Goldman, ]. G., & Holden, S. (2014). Treatment of psychosis and dementia in
Parkinson's disease. Current treatment options in neurology, 16(3), 281.

https://doi.org/10.1007/s11940-013-0281-2

Goldstein, L. H., Atkins, L., Landau, S., Brown, R. G, & Leigh, P. N. (2006).
Longitudinal predictors of psychological distress and self-esteem in
people with ALS. Neurology, 67(9), 1652-1658.

https://doi.org/10.1212/01.wnl.0000242886.91786.47

Gongalves, J. A. F,, Almeida, C., Amorim, J., Baltasar, R., Batista, |., Borrero, Y., ... &
Xavier, R. (2017). Family physicians' opinions on and difficulties with
breaking bad news. Porto biomedical journal, 2(6), 277-281.Karnieli-
Miller, O., Palombo, M., & Meitar, D. (2018). See, reflect, learn more:
qualitative analysis of breaking bad news reflective narratives. Medical

education, 52(5), 497-512. https://doi.org/10.1111/medu.13582




Gordon, E. ], & Daugherty, C. K. (2003). 'Hitting you over the head': oncologists'
disclosure of prognosis to advanced cancer patients. Bioethics, 17(2),

142-168. https://doi.org/10.1111/1467-8519.00330

Gottberg, K., Einarsson, U, Ytterberg, C., Fredrikson, S., Von Koch, L., & Holmqvist,
L. W. (2008). Use of health care services and satisfaction with care in
people with multiple sclerosis in Stockholm County: a population-based
study. Multiple Sclerosis Journal, 14(7), 962-971.

https://doi.org/10.1177/1352458508089688

Gough, B., & Madill, A. (2012). Subjectivity in psychological science: From problem
to prospect. Psychological methods, 17(3), 374.

https://doi.org/10.1037 /20029313

Grainger, K. P., Masterson, S., & Jennings, M. (2005). 'Things aren't the same, are
they?': The management of bad news delivery in the discourse of stroke
care. Communication and medicine. 2(1), 35-44.

https://doi.org/10.1515/come.2005.2.1.35

Greene, |. C. (2007). Mixed methods in social inquiry (Vol. 9). John Wiley & Sons.

Greene, ]. C., Caracelli, V. J.,, & Graham, W. F. (1989). Toward a conceptual
framework for mixed-method evaluation designs. Educational evaluation
and policy analysis, 11(3), 255-274.

https://doi.org/10.3102/01623737011003255




Grytten, N., & Maseide, P. (2006). When I am together with them I feel more ill.
'The stigma of multiple sclerosis experienced in social relationships.
Chronic Illness, 2(3), 195-208.

https://doi.org/10.1177/17423953060020030101

Gutierrez-Sanchez, D., Garcia-Gamez, M., Leiva-Santos, ]. P., & Lopez-Leiva, I.
(2021). Instruments for assessing health professionals' skills in breaking
bad news: protocol for a systematic review of measurement properties.
BM] open, 11(8), e048019.

https://doi.org/10.1136 /bmjopen-2020-048019

Habermann, B. (1996). Day-to-day demands of Parkinson's disease. Western
Journal of Nursing Research, 18(4), 397-413.

https://doi.org/10.1177/019394599601800403

Hack, T. F., Degner, L. F.,, & Parker, P. A. (2005). The communication goals and
needs of cancer patients: a review. Psycho-Oncology: Journal of the
Psychological, Social and Behavioral Dimensions of Cancer, 14(10), 831-

845. https://doi.org/10.1002/pon.949

Hall, J. N, & Preissle, J. (2015). Multimethod and mixed methods research in the
fields of education and anthropology. In The Oxford handbook of

multimethod and mixed methods research inquiry.



https://doi.org/10.1093 /oxfordhb/9780199933624.013.23

Hallingbye, T., & Serafini, M. (2011). Assessment of the quality of postherpetic
neuralgia treatment information on the Internet. The Journal of Pain,

12(11), 1149-1154. https://doi.org/10.1016/j.jpain.2011.05.005

Hancock, K., Clayton, J. M., Parker, S. M., Wal der, S., Butow, P. N,, Carrick, S,, ... &
Tattersall, M. H. (2007). Truth-telling in discussing prognosis in advanced

life-limiting illnesses: a systematic review. Palliative medicine, 21(6),

507-517. https://doi.org/10.1177/0269216307080823

Hardiman, O., Al-Chalabi, A., Chio, A., Corr, E. M., Logroscino, G., Robberecht, W., ...
& Van Den Berg, L. H. (2017). Amyotrophic lateral sclerosis. Nature
reviews Disease primers, 3(1), 1-19.

https://doi.org/10.1038/nrdp.2017.71

Harman, S., & Arnold, R. M. (2015). Discussing serious news. UpToDate, Post, TW
(ED) Waltham, MA: UpTodate Inc. http://www. uptodate. com (accessed

on February 15, 2018).

Haslam, N. (2007). Humanising medical practice: the role of empathy. Medical
journal of Australia, 187(7), 381-382.

https://doi.org/10.5694/j.1326-5377.2007.tb01305.x




Heeks, R., Ospina, A. V., & Wall, P. ]. (2019). Combining pragmatism and critical
realism in ICT4D research: an e-Resilience Case Example. In International
Conference on Social Implications of Computers in Developing Countries
(pp- 14-25). Springer, Cham.

https://doi.org/10.1007/978-3-030-19115-3 2

Heesen, C., Kolbeck, ]., Gold, S. M., Schulz, H., & Schulz, K. H. (2003). Delivering the
diagnosis of MS-results of a survey among patients and neurologists. Acta

neurologica scandinavica, 107(5), 363-368.

https://doi.org/10.1034/j.1600-0404.2003.00086.x

Heesen, C., Solari, A., Giordano, A., Kasper, J., & Kopke, S. (2011). Decisions on
multiple sclerosis immunotherapy: new treatment complexities urge
patient engagement. Journal of the neurological sciences, 306(1-2), 192-

197. https://doi.org/10.1016/j.jns.2010.09.012

Hellin, T. (2002). The physician-patient relationship: Recent developments and
changes. Haemophilia, 8(3), 450-454.

https://doi.org/10.1046/j.1365-2516.2002.00636.x

Hepworth, M., & Harrison, ]. (2004). A survey of the information needs of people
with multiple sclerosis. Health Informatics Journal, 10(1), 49-69.

https://doi.org/10.1177/1460458204040668




Hesse-Biber, S. N. (2015). Introduction: Navigating a turbulent research
landscape. In The Oxford handbook of multimethod and mixed methods
research inquiry.

https://doi.org/10.1093 /oxfordhb/9780199933624.001.0001

Hickson, G. B., Federspiel, C. F., Pichert, ]. W,, Miller, C. S., Gauld-Jaeger, |., & Bost,
P. (2002). Patient complaints and malpractice risk. Jama, 287(22), 2951-

2957. https://doi.org/10.1001 /jama.287.22.2951

Hirtz, D., Thurman, D. ], Gwinn-Hardy, K., Mohamed, M., Chaudhuri, A. R, &
Zalutsky, R. (2007). How common are the "common" neurologic
disorders?. Neurology, 68(5), 326-337.

https://doi.org/10.1212/01.wnl.0000252807.38124.a3

Hobson, E. V., & McDermott, C. J. (2016). Supportive and symptomatic
management of amyotrophic lateral sclerosis. Nature Reviews Neurology,

12,526-538. https://doi.org/10.1038/nrneurol.2016.111

Hogden, A., & Crook, A. (2017). Patient-centered decision making in amyotrophic
lateral sclerosis: where are we?. Neurodegenerative disease management,

7(6), 377-386. https://doi.org/10.2217 /nmt-2017-0026




Hogden, A., Foley, G., Henderson, R. D. James, N., & Aoun, S. M. (2017).
Amyotrophic lateral sclerosis: improving care with a multidisciplinary
approach. Journal of multidisciplinary healthcare, 10, 205.

https://doi.org/10.2147 /JMDH.S134992

Hojat, M., Mangione, S., Nasca, T. J., Cohen, M. |, Gonnella, ]. S., Erdmann, ]. B, ... &
Magee, M. (2001). The Jefferson Scale of Physician Empathy: development
and preliminary psychometric data. Educational and psychological
measurement, 61(2), 349-365.

https://doi.org/10.1177/00131640121971158

Holloway, R. G., Gramling, R., & Kelly, A. G. (2013). Estimating and communicating
prognosis in advanced neurologic disease. Neurology, 80(8), 764-772.

https://doi.org/10.1212 /WNL.0b013e318282509c¢

Holmes, S. N., & Illing, ]. (2021). Breaking bad news: tackling cultural dilemmas.
BM] Supportive & Palliative Care, 11(2), 128-132.

https://doi.org/10.1136 /bmjspcare-2020-002700

Hsieh, H. F,, & Shannon, S. E. (2005). Three approaches to qualitative content
analysis. Qualitative health research, 15(9), 1277-1288.

https://doi.org/10.1177/1049732305276687

Hugel, H., Grundy, N., Rigby, S., & Young, C. A. (2006). How does current care

practice influence the experience of a new diagnosis of motor neuron



disease? A qualitative study of current guidelines-based practice.
Amyotrophic lateral sclerosis, 7(3), 161-166.

https://doi.org/10.1080/14660820600601051

Hughes, R. A, Sinha, A., Higginson, 1., Down, K., & Leigh, P. N. (2005). Living with
motor neurone disease: lives, experiences of services and suggestions for
change. Health & social care in the community, 13(1), 64-74.

https://doi.org/10.1111/j.1365-2524.2005.00530.x

Huntington's Disease Collaborative Research Group. (1993). A novel gene
containing a trinucleotide repeat that is expanded and unstable on
Huntington's disease chromosomes. Cell, 72(6), 971-83.

https://doi.org/10.1016/0092-8674(93)90585-E

IBM Corp. (2019). IBM SPSS Statistics for Macintosh, Version 26.0. Armonk, NYC:

IBM Corp. https://doi.org/10.4324/9780429056765-3

llieva, H., & Maragakis, N. ]J. (2017). Motoneuron disease: Basic science.
Neurodegenerative Diseases, 163-190.

https://doi.org/10.1007/978-3-319-57193-5 6

[saksson, A. K., & Ahlstrom, G. (2006). From symptom to diagnosis: illness
experiences of multiple sclerosis patients. Journal of Neuroscience
Nursing, 38(4), 229.

https://doi.org/10.1097/01376517-200608000-00005




Jacobs, M., Hart, E. P., & Roos, R. A. (2017). Driving with a neurodegenerative
disorder: an overview of the current literature. Journal of neurology,
264(8), 1678-1696.

https://doi.org/10.1007/s00415-017-8489-9

Jameton, A. (1984). Nursing practice: the ethical issues. Englewood Cliffs, NJ:

Prentice Hall.

Johnson, J. (2003). On receiving the diagnosis of multiple sclerosis: managing the
transition. Multiple Sclerosis Journal, 9(1), 82-88.

https://doi.org/10.1191/1352458503ms8560a

Johnson, ]. A., Anderson, D. E., & Rossow, C. C. (2018). Health systems thinking.

Jones & Bartlett Learning.

Johnston, M., Earll, L., Mitchell, E., Morrison, V., & Wright, S. (1996).
Communicating the diagnosis of motor neurone disease. Palliative
medicine, 10(1), 23-34.

https://doi.org/10.1177/026921639601000105

Kajamaa, A., Mattick, K., & de la Croix, A. (2020). How to... do mixed-methods
research. The clinical teacher, 17(3), 267-271.

https://doi.org/10.1111 /tct.13145




Kaplowitz, S. A, Osuch, ]J. R, Safron, D, & Campo, S. (1999). Physician
communication with seriously ill cancer patients: results of a survey of
physicians. End of life issues: Interdisciplinary and multidimensional

perspectives, 205-227.

Karnieli-Miller, O., Palombo, M., & Meitar, D. (2018). See, reflect, learn more:
qualitative analysis of breaking bad news reflective narratives. Medical
education, 52(5), 497-512.

https://doi.org/10.1111/medu.13582

Kee, ]. W, Khoo, H. S., Lim, L., & Koh, M. Y. (2018). Communication skills in patient-
doctor interactions: learning from patient complaints. Health
Professions Education, 4(2), 97-106.

https://doi.org/10.1016/j.hpe.2017.03.006

Kellermann, K. (1992). Communication: Inherently strategic and primarily
automatic. Communications Monographs, 59(3), 288-300.

https://doi.org/10.1080/03637759209376270

Kelly, M. P, Stewart, E., Morgan, A, Killoran, A, Fischer, A, Threlfall, A, &
Bonnefoy, ]J. (2009). A conceptual framework for public health: NICE's
emerging approach. Public Health, 123(1), el4-e20.

https://doi.org/10.1016/j.puhe.2008.10.031




Kelly, S. B., Chaila, E., Kinsella, K., Duggan, M., McGuigan, C., Tubridy, N., &
Hutchinson, M. (2011). Multiple sclerosis, from referral to confirmed
diagnosis: an audit of clinical practice. Multiple Sclerosis Journal, 17(8),

1017-1021. https://doi.org/10.1177/1352458511403643

Kerasidou, A., & Horn, R. (2016). Making space for empathy: supporting doctors in
the emotional labour of clinical care. BMC Medical Ethics, 17(1), 1-5.

https://doi.org/10.1186/s12910-016-0091-7

Khan F, Turner-Stokes L, Ng L, Kilpatrick T, Amatya B. Multidisciplinary
rehabilitation for adults with multiple sclerosis. Cochrane Database of

Systematic Reviews. (2).

Kinderman, P., & Humphris, G. (1995). Clinical communication skills teaching: the
role of cognitive schemata. Medical education, 29(6), 436-442.

https://doi.org/10.1111/j.1365-2923.1995.tb02868.x

Kluger BM, Shattuck ], Berk ], Sebring K, Jones W, Brunetti F, et al. (2019). Defining
palliative care needs in Parkinson's disease. Movement disorders

clinical practice. 6(2), 125-131. https://doi.org/10.1002/mdc3.12702

Kon, A. A. (2010). The shared decision-making continuum. Jama, 304(8), 903-904.

https://doi.org/10.1001 /jama.2010.1208




Kothari, M., & Moolani, S. (2015). Reliability of "Google" for obtaining medical
information. Indian journal of ophthalmology, 63(3), 267.

https://doi.org/10.4103/0301-4738.156934

Kouli, A., Torsney, K. M., & Kuan, W. L. (2018). Parkinson's disease: etiology,

neuropathology, and pathogenesis. Exon Publications, 3-26.

https://doi.org/10.15586 /codonpublications.parkinsonsdisease.2018.

chl
Krauss, S. E. (2005). Research paradigms and meaning making: A primer. The

qualitative report, 10(4), 758-770.

Lacomblez, L., Bensimon, G., Leigh, P. N., Guillet, P. & Meninger,V. (1996). Dose-
ranging study of riluzole in amyotrophic lateral sclerosis. Amyotrophic
Lateral Sclerosis/Riluzole Study Group II. Lancet, 347, 1425-1431.

https://doi.org/10.1016/S0140-6736(96)91680-3

Lamiani, G., Borghi, L., & Argentero, P. (2017). When healthcare professionals
cannot do the right thing: A systematic review of moral distress and its
correlates. Journal of health psychology, 22(1), 51-67.

https://doi.org/10.1177/1359105315595120




Lamiani, G., Dordoni, P., & Argentero, P. (2018). Value congruence and depressive
symptoms among critical care clinicians: The mediating role of moral
distress. Stress and Health, 34(1), 135-142.

https://doi.org/10.1002/smi.2769

Lampert, B., Unterrainer, C., & Seubert, C. T. (2019). Exhausted through client
interaction-Detached concern profiles as an emotional resource over
time?. Plos one, 14(5), e0216031.

https://doi.org/10.1371 /journal.pone.0216031

Learmonth, Y. C, Ensari, I, & Motl, R. W. (2016). Physiotherapy and walking
outcomes in adults with multiple sclerosis: systematic review and
meta-analysis. Physical Therapy Reviews, 21(3-6), 160-172.

https://doi.org/10.1080/10833196.2016.1263415

Lemmon, M. E, & Strowd, R. E. (2016). Right brain: breaking bad news:
communication education for neurology trainees. Neurology, 87(24),
e285-e287.

https://doi.org/10.1212 /WNL.0000000000003433

Leroi, I. (2017). Disrupted identities: movement, mind, and memory in
Parkinson's disease. International psychogeriatrics, 29(6), 879-881.

https://doi.org/10.1017/S1041610217000370




Levac, D., Colquhoun, H., & O'Brien, K. K. (2010). Scoping studies: advancing the
methodology. Implementation science, 5(1), 1-9.

https://doi.org/10.1186/1748-5908-5-69

Levinson, W. (2011). Patient-centered communication: a sophisticated procedure.

BM] Qual. Saf. 20, 823-825. https://doi.org/10.1136/bmjgs-2011-

000323

Levinson, W., & Roter, D. (1995). Physicians' psychosocial beliefs correlate with
their patient communication skills. Journal of general internal

medicine, 10(7), 375-379. https://doi.org/10.1007/BF02599834

Lizarraga, K. |, Fox, S. H,, Strafella, A. P., & Lang, A. E. (2020). Hallucinations,
delusions and impulse control disorders in Parkinson disease. Clinics
in geriatric medicine, 36(1), 105-118.

https://doi.org/10.1016/j.cger.2019.09.004

Lode, K, Larsen, J. P., Bru, E,, Klevan, G., Myhr, K. M., & Nyland, H. (2007). Patient
information and coping styles in multiple sclerosis. Multiple Sclerosis
Journal, 13(6), 792-799.

https://doi.org/10.1177/1352458506073482

Logroscino, G., Traynor, B. ]., Hardiman, O., Chio, A., Mitchell, D., Swingler, R.],, ... &
Beghi, E. (2010). Incidence of amyotrophic lateral sclerosis in Europe.

Journal of Neurology, Neurosurgery & Psychiatry, 81(4), 385-390.



https://doi.org/10.1136/jnnp.2009.183525

Lorefice, L., Mura, G., Coni, G., Fenu, G., Sardu, C., Frau, ], ... & Cocco, E. (2013). What
do multiple sclerosis patients and their caregivers perceive as unmet
needs?. BMC neurology, 13(1), 1-8.

https://doi.org/10.1186/1471-2377-13-177

Lown, B. A,, & Manning, C. F. (2010). The Schwartz Center Rounds: evaluation of
an interdisciplinary approach to enhancing patient-centered
communication, teamwork, and provider support. Academic Medicine,
85(6), 1073-1081.

https://doi.org/10.1097 /ACM.0b013e3181dbf741

Lynch, M. A, Hardiman, 0., Elamin, M., Kirby, ]J., & Rowland, L. P. (2016). Common
themes in the pathogenesis of neurodegeneration. In

Neurodegenerative Disorders. 1-12. Springer, Cham.

https://doi.org/10.1007/978-3-319-23309-3 1

Macht, M., Gerlich, C., Ellgring, H., & the Infopark Collaboration. (2003).
Information needs in older persons with Parkinson's disease in
Germany: A qualitative study. Forum Qualitative Social Research, 4(1).
Retrieved from http://www.qualitative-

research.net/index.php/fqs/article/viewArticle/760/1648



Mackenzie, I. S. et al. (2014) 'Incidence and prevalence of multiple sclerosis in the
UK 1990-2010: a descriptive study in the General Practice Research
Database.’, Journal of neurology, neurosurgery, and psychiatry, 85(1),

pp. 76-84. https://doi.org/10.1136/jnnp-2013-305450

Mager, W. M., & Andrykowski, M. A. (2002). Communication in the cancer 'bad
news' consultation: patient perceptions and psychological adjustment.

Psycho-Oncology: Journal of the Psychological, Social and Behavioral

Dimensions of Cancer, 11(1), 35-46. https://doi.org/10.1002/pon.563

Majersik, ]. J., Ahmed, A., Chen, I. H. A, Shill, H., Hanes, G. P, Pelak, V. S,, ... & Leslie-
Mazwi, T. (2021). A Shortage of Neurologists-We Must Act Now: A
Report From the AAN 2019 Transforming Leaders Program.
Neurology, 96(24), 1122-1134.

https://doi.org/10.1212 /WNL.0000000000012111

Malcomson, K. S., Lowe-Strong, A. S., & Dunwoody, L. (2008). What can we learn
from the personal insights of individuals living and coping with
multiple sclerosis?. Disability and rehabilitation, 30(9), 662-674.

https://doi.org/10.1080/09638280701400730

Malterud, K., Fredriksen, L., & Gjerde, M. H. (2009). When doctors experience their
vulnerability as beneficial for the patients: a focus-group study from
general practice. Scandinavian journal of primary health care, 27(2),

85-90. https://doi.org/10.1080/02813430802661811




Marrie, R. A., Reingold, S., Cohen, ], Stuve, O., Trojano, M., Sorensen, P. S,, .. &
Reider, N. (2015). The incidence and prevalence of psychiatric
disorders in multiple sclerosis: a systematic review. Multiple Sclerosis
Journal, 21(3), 305-317.

https://doi.org/10.1177/1352458514564487

Marsili, L., Rizzo, G., & Colosimo, C. (2018). Diagnostic criteria for Parkinson's
disease: from James Parkinson to the concept of prodromal disease.
Frontiers in neurology, 9, 156.

https://doi.org/10.3389 /fneur.2018.00156

Martinelli, V., Ghezzi, A., Montanari, E., Radaelli, M., Comi, G., & Bossa, R. (2012).
Disclosing the diagnosis of multiple sclerosis: the Profile Project.
Journal of neurology, 259(12), 2605-2610.

https://doi.org/10.1007/s00415-012-6548-9

Maslach, C. (2003). Burnout: The Cost of Caring Cambridge. MA: ISHK.

Maxcy, S. J. (2003). Pragmatic threads in mixed methods research in the social
sciences: The search for multiple modes of inquiry and the end of the
philosophy of formalism. Handbook of mixed methods in social and

behavioral research, (51-89).



Maxwell, J. A, & Mittapalli, K. (2010). Realism as a stance for mixed methods
research. Handbook of mixed methods in social & behavioral research,

2,145-68. https://doi.org/10.4135/9781506335193.n6

Mccluskey, L., Casarett, D., & Siderowf, A. (2004). Breaking the news: a survey of
ALS patients and their caregivers. Amyotrophic lateral sclerosis and
other motor neuron disorders, 5(3), 131-135.

https://doi.org/10.1080/14660820410020772

McLeod, J. E., & Clarke, D. M. (2007). A review of psychosocial aspects of motor
neurone disease. Journal of the neurological sciences, 258(1-2), 4-10.

https://doi.org/10.1016/j.jns.2007.03.001

Mead, N., & Bower, P. (2000). Patient-centredness: a conceptual framework and
review of the empirical literature. Social science & medicine, 51(7),

1087-1110. https://doi.org/10.1016/S0277-9536(00)00098-8

Medical Research Council. (2000). A framework for development and evaluation

of RCTs for complex interventions to improve health. London.

Meier, D. E., Back, A. L., & Morrison, R. S. (2001). The inner life of physicians and
care of the seriously ill. Jama, 286(23), 3007-3014.

https://doi.org/10.1001 /jama.286.23.3007




Meitar, D., Karnieli-Miller, O., & Eidelman, S. (2009). Personal difficulties with
breaking bad news and their influence on patterns of communication.

Acad Med, 84, 1582-94.

https://doi.org/10.1097 /ACM.0b013e3181bb2b94

Merckaert, I, Liénard, A., Libert, Y., Bragard, ., Delvaux, N., Etienne, A. M,, ... &
Razavi, D. (2013). Is it possible to improve the breaking bad news skills
of residents when a relative is present? A randomised study. British
journal of cancer, 109(10), 2507-2514.

https://doi.org/10.1038/bjc.2013.615

Methley, A. M., Chew-Graham, C., Campbell, S.,, & Cheraghi-Sohi, S. (2015).
Experiences of UK health-care services for people with Multiple
Sclerosis: a systematic narrative review. Health Expectations, 18(6),

1844-1855. https://doi.org/10.1111 /hex.12228

Mills, M. E., & Sullivan, K. (1999). The importance of information giving for patients
newly diagnosed with cancer: a review of the literature. Journal of
clinical nursing, 8(6), 631-642.

https://doi.org/10.1046/j.1365-2702.1999.00296.x

Mishel, M. H. (1988). Uncertainty in illness. Image: The Journal of Nursing

Scholarship, 20(4), 225-232.

https://doi.org/10.1111/j.1547-5069.1988.tb00082.x




Mishelmovich, N., Arber, A., & Odelius, A. (2016). Breaking significant news: The
experience of clinical nurse specialists in cancer and palliative care.
European Journal of Oncology Nursing, 21, 153-159.

https://doi.org/10.1016/j.ejon.2015.09.006

Mistry, K., & Simpson, . (2013). Exploring the transitional process from receiving
a diagnosis to living with motor neurone disease. Psychology & health,

28(8), 939-953. https://doi.org/10.1080/08870446.2013.770513

Mitchell, ]. D., Callagher, P., Gardham, ]., Mitchell, C., Dixon, M., Addison-Jones, R,, ...
& O'Brien, M. R. (2010). Timelines in the diagnostic evaluation of
people with suspected amyotrophic lateral sclerosis (ALS)/motor
neuron disease (MND)-a 20-year review: can we do better?.
Amyotrophic Lateral Sclerosis, 11(6), 537-541.

https://doi.org/10.3109/17482968.2010.495158

Mitchison, D., Butow, P., Sze, M., Aldridge, L., Hui, R., Vardy, J., ... & Goldstein, D.
(2012). Prognostic communication preferences of migrant patients
and their relatives. Psycho-Oncology, 21(5), 496-504.

https://doi.org/10.1002/pon.1923

Miyasaki, J. M., Rheaume, C., Gulya, L., Ellenstein, A., Schwarz, H. B, Vidic, T.R,, ... &
Busis, N. A. (2017). Qualitative study of burnout, career satisfaction,
and well-being among US neurologists in 2016. Neurology, 89(16),

1730-1738. https://doi.org/10.1212 /WNL.0000000000004526




Mjaaland, T. A., Finset, A., Jensen, B. F., & Gulbrandsen, P. (2011). Physicians'
responses to patients' expressions of negative emotions in hospital
consultations: a video-based observational study. Patient Education
and Counseling, 84(3), 332-337.

https://doi.org/10.1016/j.pec.2011.02.001

Mostafavian, Z., & Shaye, Z. A. (2018). Evaluation of physicians' skills in breaking
bad news to cancer patients. Journal of Family Medicine and Primary

Care, 7(3), 601-605. https://doi.org/10.4103/jfmpc.jffmpc 25 18

Motor Neurone Disease Association- MNDA (2017). Brief guide to MND: MND

statistics. Retrieved from: https://www.mndassociation.org/what-is-

mnd /brief-guide-to-mnd/

Mullins, L. L., Cote, M. P., Fuemmeler, B. F., Jean, V. M., Beatty, W. W., & Paul, R. H.
(2001). Illness intrusiveness, uncertainty, and distress in individuals
with multiple sclerosis. Rehabilitation Psychology, 46(2), 139.

https://doi.org/10.1037/0090-5550.46.2.139

Murray, C. D., & Wilde, D. J. (2020). Thinking about, doing and writing up research
using interpretative phenomenological analysis. In Handbook of
Theory and Methods in Applied Health Research. Edward Elgar

Publishing. https://doi.org/10.4337/9781785363214.00015




Nance, M. A. (2012). Therapy in Huntington's disease: where are we?. Current
neurology and neuroscience reports, 12(4), 359-366.

https://doi.org/10.1007/s11910-012-0277-4

National Insitute for Health and Care Excellence. (2014). Multiple sclerosis in

adults: management London: NICE.

National Insitute for Health and Care Excellence. (2016). Motor neurone disease:

assessment and management London: NICE.

National Insitute for Health and Care Excellence. (2017) Parkinson's disease in

adults. London: NICE.

Newman, A. R. (2016). Nurses' perceptions of diagnosis and prognosis-related
communication: An integrative review. Cancer nursing, 39(5), E48-

E60. https://doi.org/10.1097 /NCC.0000000000000365

Ng, L., Khan, F. (2009). Multidisciplinary care for adults with amyotrophic lateral
sclerosis or motor neuron disease. Cochrane Database of Systematic

Reviews. (4). https://doi.org/10.1002/14651858.CD007425.pub2

Nisbet, T., Turbull, S., Mulhern, S., & Razvi, S. (2017). 'Breaking Good News"
Neurologists' experiences of discussing SUDEP with patients in
Scotland. Epilepsy & Behavior, 70, 72-79.

https://doi.org/10.1016/j.vebeh.2017.02.024




Nitkunan, A., Lawrence. ]., Reilly M. M. (2020) Association of British Neurologists
UK neurology workforce survey. ACNR.

https://doi.org/10.47795/0NAT9784

Niven, E., Newton, |., Foley, |., Colville, S., Swingler, R., Chandran, S., ... Abrahams,
S. (2015). Validation of the Edinburgh Cognitive and Behavioural
Amyotrophic Lateral Sclerosis Screen (ECAS): A cognitive tool for
motor disorders. Amyotrophic Lateral Sclerosis and Frontotemporal
Degeneration, 16(3-4), 172-179.

https://doi.org/10.3109/21678421.2015.1030430

Nizza, . E., Farr, J., & Smith, J. A. (2021). Achieving excellence in interpretative
phenomenological analysis (IPA): Four markers of high quality.
Qualitative Research in Psychology, 1-18.

https://doi.org/10.1080/14780887.2020.1854404

Nopoulos, P. C. (2016). Huntington disease: a single-gene degenerative disorder of
the striatum. Dialogues in clinical neuroscience, 18(1), 91.

https://doi.org/10.31887/DCNS.2016.18.1 /pnopoulos

Novack, D. H., Suchman, A. L., Clark, W., Epstein, R. M., Najberg, E., & Kaplan, C.
(1997). Calibrating the physician: personal awareness and effective
patient care. Jama, 278(6), 502-509.

https://doi.org/10.1001 /jama.1997.03550060078040




Noyce A., Bandopadhyay R. (2017). "Parkinson's disease: basic pathomechanisms
and a clinical overview," in P. Beart, M. Robinson, M. Rattray & N. J.
Maragakis (Eds.), Neurodegenerative Diseases: Pathology,
Mechanisms, and Potential Therapeutic Targets, (pp. 55-92). Springer

International Publishing.

O'Brien, M. R., Whitehead, B., Jack, B. A,, & Mitchell, J. D. (2011). From symptom
onset to a diagnosis of amyotrophic lateral sclerosis/motor neuron
disease (ALS/MND): experiences of people with ALS/MND and family
carers-a qualitative study. Amyotrophic lateral sclerosis, 12(2), 97-

104. https://doi.org/10.3109/17482968.2010.546414

O'cathain, A., Murphy, E., & Nicholl, ]. (2008). The quality of mixed methods studies
in health services research. Journal of health services research & policy,

13(2), 92-98. https://doi.org/10.1258 /jhsrp.2007.007074

O'Cathain, A., Murphy, E., & Nicholl, ]. (2010). Three techniques for integrating
data in mixed methods studies. Bmj, 341.

https://doi.org/10.1136/bmj.c4587

Oliver, D. ., Borasio, G. D., Caraceni, A., De Visser, M., Grisold, W., Lorenz], S., ... &
Voltz, R. (2016). A consensus review on the development of palliative
care for patients with chronic and progressive neurological disease.

European journal of neurology, 23(1), 30-38.



https://doi.org/10.1111/ene.12889

Olsson, T., Barcellos, L. F., & Alfredsson, L. (2017). Interactions between genetic,
lifestyle and environmental risk factors for multiple sclerosis. Nature
Reviews Neurology, 13(1), 25-36.

https://doi.org/10.1038/nrneurol.2016.187

Onarheim K-], Lindvall S, Graham L. (2014). The European Parkinson's disease

standards of care consensus statement. Movement Disorders. 29

(Suppl 1), 450.

Orton, S. M., Herrera, B. M,, Yee, I. M., Valdar, W., Ramagopalan, S. V., Sadovnick, A.
D, .. & Canadian Collaborative Study Group. (2006). Sex ratio of
multiple sclerosis in Canada: a longitudinal study. The Lancet
Neurology, 5(11), 932-936.

https://doi.org/10.1016/S1474-4422(06)70581-6

Papathanasopoulos, P., Messinis, L., Lyros, E., Nikolakopoulou, A., Gourzoulidou,
E., & Malefaki, S. (2008). Communicating the diagnosis of multiple
sclerosis. Journal of neurology, 255(12), 1963-1969.

https://doi.org/10.1007/s00415-008-0067-8

Pavey, A., Allen-Collinson, J., & Pavey, T. (2013). The lived experience of diagnosis
delivery in motor neurone disease: a sociological-phenomenological

study. Sociological research online, 18(2), 36-47.



https://doi.org/10.5153/sr0.2927

Peat, G., Rodriguez, A., & Smith, ]. (2019). Interpretive phenomenological analysis

applied to healthcare research.

Peek, ]J. (2017). 'There was no great ceremony': patient narratives and the
diagnostic encounter in the context of Parkinson's. Medical humanities,

43(1), 35-40. https://doi.org/10.1136/medhum-2016-011054

Peel, R, Jones, S., Miller, C., & Gibson, ]. (2020). Great expectations? A qualitative
study of health professionals' perspectives on breaking bad news
about rehabilitation potential after traumatic brain injury or spinal
injury. Disability and rehabilitation, 42(22), 3209-3214.

https://doi.org/10.1080/09638288.2019.1589586

Pelaez, S., & Hall, M. C. Exploring the COMFORT model for complex communication
for physiotherapists in neurorehabilitation: a critical review. Medical

& Clinical Research, 2(3).

Pham, M. T., Raji¢, A,, Greig, ]. D., Sargeant, ]. M., Papadopoulos, A., & McEwen, S. A.
(2014). A scoping review of scoping reviews: advancing the approach

and enhancing the consistency. Research synthesis methods, 5(4), 371-

385. https://doi.org/10.1002/jrsm.1123




Phillips, ]., Kneebone, I. I, & Taverner, B. (2013). Breaking bad news in stroke

rehabilitation: a consultation with a community stroke team. Disability

and rehabilitation, 35(8), 694-701.

https://doi.org/10.3109/09638288.2012.703757

Phillips, L. ]. (2006). Dropping the bomb: the experience of being diagnosed with
Parkinson's disease. Geriatric nursing, 27(6), 362-369.

https://doi.org/10.1016/j.gerinurse.2006.10.012

Phukan, J., Elamin, M., Bede, P., Jordan, N., Gallagher, L., Byrne, S,, ... & Hardiman, O.

(2012). The syndrome of cognitive impairment in amyotrophic lateral

sclerosis: a population-based study. Journal of Neurology,

Neurosurgery & Psychiatry, 83(1), 102-108.

https://doi.org/10.1136/jnnp-2011-300188

Pietkiewicz, 1., & Smith, J. A. (2014). A practical guide to using interpretative

phenomenological analysis in qualitative research psychology.

Psychological journal, 20(1), 7-14.

https://doi.org/10.14691/CPP].20.1.7

Pinder, R. (1992). Coherence and incoherence: doctors' and patients' perspectives
on the diagnosis of Parkinson's Disease. Sociology of Health & Illness,

14(1), 1-22. https://doi.org/10.1111/1467-9566.ep10940102




Pollak, K. I., Arnold, R. M,, Jeffreys, A. S., Alexander, S. C,, Olsen, M. K., Abernethy, A.
P, .. & Tulsky, ]J. A. (2007). Oncologist communication about emotion
during visits with patients with advanced cancer. Journal of Clinical
Oncology, 25(36), 5748-5752.

https://doi.org/10.1200/]C0.2007.12.4180

Pretorius, C., & Joubert, N. (2014). The experiences of individuals with multiple
sclerosis in the Western Cape, South Africa. Health SA Gesondheid,

19(1). https://doi.org/10.4102 /hsag.v19i1.756

Price, J., McNeilly, P., & Surgenor, M. (2006). Breaking bad news to parents: the
children's nurse's role. International journal of palliative Nursing,

12(3), 115-120. https://doi.org/10.12968/ijpn.2006.12.3.20695

Ptacek, . T., & McIntosh, E. G. (2009). Physician challenges in communicating bad
news. Journal of behavioral medicine, 32(4), 380-387.

https://doi.org/10.1007/s10865-009-9213-8

Quarrell, 0., Baig, S., Strong, M., Rosser, E., Taverner, N., Glew, R,, ... & Craufurd, D.
(2016). J1 Predictive testing for huntington's disease (HD) in the UK
1994-2014: changes in age distribution and outcome of results. Journal
of Neurology, Neurosurgery & Psychiatry. 87:A75

https://doi.org/10.1136/jnnp-2016-314597.213




Randall, T. C., & Wearn, A. M. (2005). Receiving bad news: patients with
haematological cancer reflect upon their experience. Palliative
medicine, 19(8), 594-601.

https://doi.org/10.1191/0269216305pm10800a

Rassin, M., Dado, K. P., & Avraham, M. (2013). The role of health care professionals
in breaking bad news about death: the perspectives of doctors, nurses

and social workers. International journal of caring sciences, 6(2), 227.

Rat, A. C, Ricci, L., Guillemin, F., Ricatte, C., Pongy, M., Vieux, R,, ... & Muller, L.
(2018). Development of a web-based formative self-assessment tool
for physicians to practice breaking bad news (BRADNET). JMIR
medical education, 4(2), e17.

https://doi.org/10.2196 /mededu.9551

Reijnders, |. S., Ehrt, U, Weber, W. E., Aarsland, D., & Leentjens, A. F. (2008). A
systematic review of prevalence studies of depression in Parkinson's
disease. Movement disorders, 23(2), 183-189.

https://doi.org/10.1002/mds.21803

Remm, S., Halcomb, E., & Stephens, M. (2019). Experiences of being diagnosed with
motor neuron disease:"] just want to know". Collegian, 26(5), 550-555.

https://doi.org/10.1016/j.colegn.2019.02.002

Riess, H., Kelley, ]. M., Bailey, R. W,, Dunn, E. J., & Phillips, M. (2012). Empathy

training for resident physicians: a randomized controlled trial of a



neuroscience-informed curriculum. Journal of general internal
medicine, 27(10), 1280-1286.

https://doi.org/10.1007/s11606-012-2063-z

Roberts, C.S., Cox, C. E., Reintgen, D. S., Baile, W. F., & Gibertini, M. (1994). Influence
of physician communication on newly diagnosed breast patients'
psychologic adjustment and decision-making. Cancer, 74(S1), 336-341.

https://doi.org/10.1002/cncr.2820741319

Rogers, C. R. (1995). A way of being. Houghton Mifflin Harcourt.

Roos, R. a C. (2010). Huntington's disease: a clinical review. Orphanet Journal of

Rare Diseases, 5(1), 40. https://doi.org/10.1186/1750-1172-5-40

Royal College of Physicialns (2018). Focus on physicians: Census of consultant

physicians and higher specialty trainees. RCP, London.

Sanchez-Reilly, S., Morrison, L. ., Carey, E., Bernacki, R., O'Neill, L., Kapo, J., ... &
Thomas, ]. D. (2013). Caring for oneself to care for others: physicians
and their self-care. The journal of supportive oncology, 11(2), 75.

https://doi.org/10.12788/j.suponc.0003

Sandars, J. (2009). The use of reflection in medical education: AMEE Guide No. 44.
Medical teacher, 31(8), 685-695.

https://doi.org/10.1080/01421590903050374




Sans6, N., Galiana, L., Oliver, A., Pascual, A., Sinclair, S., & Benito, E. (2015).
Palliative care professionals' inner life: exploring the relationships
among awareness, self-care, and compassion satisfaction and fatigue,
burnout, and coping with death. Journal of pain and symptom
management, 50(2), 200-207.

https://doi.org/10.1016/j.jpainsymman.2015.02.013

Sayer, A. (2000). Realism and social science SAGE.

https://doi.org/10.4135/9781446218730

Schmid Mast, M., Kindlimann, A., & Langewitz, W. (2005). Recipients' perspective
on breaking bad news: how you put it really makes a difference. Patient
Education and Counseling, 58(3), 244-251.

https://doi.org/10.1016/j.pec.2005.05.005

Schoenthaler, A., Basile, M., West, T. V., & Kalet, A. (2018). It takes two to tango: A
dyadic approach to understanding the medication dialogue in patient-
provider relationships. Patient education and counseling, 101(8),

1500-1505. https://doi.org/10.1016/j.pec.2018.02.009

Schofield, P. E., & Butow, P. N. (2004). Towards better communication in cancer
care: a framework for developing evidence-based interventions.

Patient education and counseling, 55(1), 32-39.



https://doi.org/10.1016/j.pec.2003.07.001

Schofield, P. E., Butow, P. N., Thompson, ]. F.,, Tattersall, M. H. N., Beeney, L. |., &
Dunn, S. M. (2003). Psychological responses of patients receiving a
diagnosis of cancer. Annals of oncology, 14(1), 48-56.

https://doi.org/10.1093 /annonc/mdg010

Schrag, A., Modi, S., Hotham, S., Merritt, R., Khan, K., & Graham, L. (2018). Patient
experiences of receiving a diagnosis of Parkinson's disease. Journal of
neurology, 265(5), 1151-1157.

https://doi.org/10.1007/s00415-018-8817-8

Seeber, A. A, Pols, A. ], Hijdra, A., Grupstra, H. F., Willems, D. L., & de Visser, M.
(2019). Experiences and reflections of patients with motor neuron
disease on breaking the news in a two-tiered appointment: a
qualitative study. BM] Supportive & Palliative care, 9(1), e8-e8.

https://doi.org/10.1136 /bmjspcare-2015-000977

Seltman, R. E., & Matthews, B. R. (2012). Frontotemporal lobar degeneration. CNS
drugs, 26(10), 841-870.

https://doi.org/10.2165/11640070-000000000-00000

Sexton, D. (2013). 'As Good as it's Going to Get'. Bad News Conversations in
Neurology: Challenges for Occupational Therapists. British Journal of

Occupational Therapy, 76(6), 270-279.



https://doi.org/10.4276/030802213X13706169932860

Shaw, S. T., & Vivekananda-Schmidt, P. (2017). Challenges to ethically managing
Parkinson disease: An interview study of patient perspectives. Journal
of patient experience, 4(4), 191-196.

https://doi.org/10.1177/2374373517706836

Shay, L. A, & Lafata, J. E. (2015). Where is the evidence? A systematic review of
shared decision making and patient outcomes. Medical Decision
Making, 35(1), 114-131.

https://doi.org/10.1177/0272989X14551638

Sheard, L., and R. Peacock. (2019). "Fiddling while Rome Burns? Conducting
Research with Healthcare Staff When the NHS is in Crisis." Journal of
Health Organization and Management 34 (1): 77-84.

https://doi.org/10.1108 /JHOM-04-2019-0105

Sieber BA, Landis S, Koroshetz W, Bateman R, Siderowf A, Galpern WR, et al.
(2014). Prioritized research recommendations from the National
Institute of Neurological Disorders and Stroke Parkinson's Disease
2014 conference. Ann Neurol. 2014;76(4):469-72.

https://doi.org/10.1002/ana.24261

Simpson, J., Chatzidamianos, G., Fletcher, L., Perpetuo, L., & Eccles, F. ]. (2018). A

new scale measuring adaptive perceived control for people with



Parkinson's: Initial construction and further validation. Journal of the

neurological sciences, 391, 77-83.

https://doi.org/10.1016/j.jns.2018.05.023

Simpson, ], McMillan, H,, & Reeve, D. (2013). Reformulating psychological
difficulties in people with Parkinson's disease: the potential of a social

relational approach to disablism. Parkinson's Disease, 2013.

https://doi.org/10.1155/2013/608562

Smith, J. A. (2017). Interpretative phenomenological analysis: Getting at lived
experience. The Journal of Positive Psychology.

https://doi.org/10.1080/17439760.2016.1262622

Soh, S. E., Morris, M. E., & McGinley, J. L. (2011). Determinants of health-related
quality of life in Parkinson's disease: a systematic review.

Parkinsonism & related disorders, 17(1), 1-9.

https://doi.org/10.1016/j.parkreldis.2010.08.012

Sokol, L. L., Young, M. ], Paparian, |., Kluger, B. M., Lum, H. D., Besbris, ., ... & Cerf,
M. (2019). Advance care planning in Parkinson's disease: ethical
challenges and future directions. npj Parkinson's Disease, 5(1), 1-7.

https://doi.org/10.1038/s41531-019-0098-0

Solari, A. (2014). Effective communication at the point of multiple sclerosis

diagnosis. Multiple Sclerosis Journal, 20(4), 397-402.



https://doi.org/10.1177/1352458514523061

Solari, A., Acquarone, N., Pucci, E., Martinelli, V., Marrosu, M. G., Trojano, M,, ... &
Messmer Uccelli, M. (2007). Communicating the diagnosis of multiple
sclerosis-a qualitative study. Multiple Sclerosis Journal, 13(6), 763-

769. https://doi.org/10.1177/1352458506074689

Soundy, A. (2018). Psycho-emotional content of illness narrative master plots for
people with chronicillness: Implications for assessment. World journal
of psychiatry, 8(3), 79.

https://doi.org/10.5498 /wjp.v8.i3.79

Soundy, A., & Condon, N. (2015). Patients experiences of maintaining mental well-
being and hope within motor neuron disease: a thematic synthesis.
Frontiers in psychology, 6, 606.

https://doi.org/10.3389 /fpsyg.2015.00606

Soundy, A, Roskell, C., Adams, R, Elder, T., & Dawes, H. (2016). Understanding
health care professional-patient interactions in multiple sclerosis: a
systematic review and thematic synthesis. Open Journal of Therapy
and Rehabilitation, 4(04), 187.

https://doi.org/10.4236/0jtr.2016.44018

Soundy, A., Smith, B., Butler, M., Lowe, C. M., Helen, D., & Winward, C. H. (2010). A

qualitative study in neurological physiotherapy and hope: beyond



physical improvement. Physiotherapy Theory and Practice, 26(2), 79-

88. https://doi.org/10.3109/09593980802634466

Soundy, A., Smith, B., Dawes, H., Pall, H., Gimbrere, K., & Ramsay, J. (2013). Patient's
expression of hope and illness narratives in three neurological
conditions: a meta-ethnography. Health Psychology Review, 7(2), 177-

201. https://doi.org/10.1080/17437199.2011.568856

Sparks, L., Villagran, M. M., Parker-Raley, ]., & Cunningham, C. B. (2007). A patient-
centered approach to breaking bad news: Communication guidelines
for health care providers. Journal of Applied Communication Research,

35(2), 177-196. https://doi.org/10.1080/00909880701262997

Spiegel, W., Zidek, T., Maier, M., Vutuc, C,, Isak, K., Karlic, H., & Micksche, M. (2009).
Breaking bad news to cancer patients: survey and analysis. Psycho-
Oncology: Journal of the Psychological, Social and Behavioral
Dimensions of Cancer, 18(2), 179-186.

https://doi.org/10.1002/pon.1383

Stacey, D., Légaré, F., Lewis, K., Barry, M. ], Bennett, C. L., Eden, K. B,, ... & Trevena,
L. (2017). Decision aids for people facing health treatment or screening
decisions. Cochrane database of systematic reviews, (4).

https://doi.org/10.1002/14651858.CD001431.pub5

Stenager, E. (2019). A global perspective on the burden of multiple sclerosis. The

Lancet Neurology, 18(3), 227-228.



https://doi.org/10.1016/S1474-4422(18)30498-8

Storstein A. Communication and neurology--bad news and how to break them.
Acta Neurol Scand Suppl. 2011(191):5-11.

https://doi.org/10.1111/j.1600-0404.2011.01550.x

Street Jr, R. L, Makoul, G., Arora, N. K,, & Epstein, R. M. (2009). How does
communication  heal?  Pathways linking  clinician-patient
communication to health outcomes. Patient education and counseling,

74(3), 295-301. https://doi.org/10.1016/j.pec.2008.11.015

Studer, R. K,, Danuser, B., & Gomez, P. (2017). Physicians' psychophysiological
stress reaction in medical communication of bad news: a critical
literature review. International Journal of Psychophysiology, 120, 14-

22. https://doi.org/10.1016/j.ijpsycho.2017.06.006

Switankowsky, I. (2000). Sympathy and empathy. Philosophy today, 44(1), 86-92.

https://doi.org/10.5840 /philtoday200044156

Talbot, K. (2009). The bare essentials motor neurone disease. Neurol Pract, 9, 303-

9. https://doi.org/10.1136/jnnp.2009.188151

Tariq, S., & Woodman, J. (2013). Using mixed methods in health research. JRSM

short reports, 4(6). https://doi.org/10.1177/2042533313479197




The Neurological Alliance (2019b). Neuro Patience, Still waiting for improvements

in treatment care. Retrieved from https://www.neural.org.uk/wp-

content/uploads/2019/07 /neuro-patience-2019-1.pdf

Thompson, A. (1996). Political pragmatism and educational inquiry. Philosophy of

Education Archive, 425-434.

Thompson, J. A, Cruickshank, T. M., Penailillo, L. E., Lee, ]. W., Newton, R. U., Barker,
R. A, & Ziman, M. R. (2013). The effects of multidisciplinary
rehabilitation in patients with early-to-middle-stage Huntington's
disease: a pilot study. European journal of neurology, 20(9), 1325-

1329. https://doi.org/10.1111/ene.12053

Thorne, S., Con, A., McGuinness, L., McPherson, G., & Harris, S. R. (2004). Health
care communication issues in multiple sclerosis: an interpretive
description. Qualitative health research, 14(1), 5-22.

https://doi.org/10.1177/1049732303259618

Thornton, H. B, & Lea, S.]. (1992). An investigation into needs of people living with
multiple sclerosis, and their families. Disability, Handicap & Society,

7(4), 321-338. https://doi.org/10.1080/02674649266780401

Tibben, A. (2007). Predictive testing for Huntington's disease. Brain research
bulletin, 72(2-3), 165-171.

https://doi.org/10.1016/j.brainresbull.2006.10.023



Tobin, G. A, & Begley, C. (2008). Receiving bad news: a phenomenological
exploration of the lived experience of receiving a cancer diagnosis.
Cancer nursing, 31(5), E31-E39.

https://doi.org/10.1097/01.NCC.0000305767.42475.7a

Tongue, ]. R, Epps, H. R,, & Forese, L. L. (2005). Communication skills for patient-
centered care: research-based, easily learned techniques for medical
interviews that benefit orthopaedic surgeons and their patients. JB]JS,
87(3), 652-658.

https://doi.org/10.2106/00004623-200503000-00027

Trapp, B. D, & Nave, K. A. (2008). Multiple sclerosis: an immune or
neurodegenerative disorder?. Annu. Rev. Neurosci., 31, 247-269.

https://doi.org/10.1146 /annurev.neuro.30.051606.094313

Truong, D.D., Bhidayasiri, R. & Wolters, E. (2008). Management of non-motor
symptoms in advanced Parkinson disease. Journal of the Neurological
Sciences, 266(1-2), 216-228.

https://doi.org/10.1016/j.jns.2007.08.015

Tysnes, O. B., & Storstein, A. (2017). Epidemiology of Parkinson's disease. Journal
of neural transmission, 124(8), 901-905.

https://doi.org/10.1007/s00702-017-1686-y




van Capelle, A. D. C,, Visser, L. H., & Vosman, F. (2016). Developing patient-centred
care for multiple sclerosis (MS). Learning from patient perspectives on
the process of MS diagnosis. European Journal for Person Centered

Healthcare, 4(4), 675-680.

van der Eijk, M., Nijhuis, F. A, Faber, M. |., & Bloem, B. R. (2013). Moving from
physician-centered care towards patient-centered care for Parkinson's
disease patients. Parkinsonism & related disorders, 19(11), 923-927.

https://doi.org/10.1016/j.parkreldis.2013.04.022

van der Marck, M. A, Bloem, B. R,, Borm, G. F., Overeem, S., Munneke, M., &
Guttman, M. (2013). Effectiveness of multidisciplinary care for

Parkinson's disease: a randomized, controlled trial. Movement

disorders, 28(5), 605-611. https://doi.org/10.1002/mds.25194

van der Marck, M. A,, Kalf, . G., Sturkenboom, . H., Nijkrake, M. J., Munneke, M., &
Bloem, B. R. (2009). Multidisciplinary care for patients with
Parkinson's disease. Parkinsonism & related disorders, 15, S219-S223.

https://doi.org/10.1016/S1353-8020(09)70819-3

van Eenennaam, R. M,, Kruithof, W. ]., van Es, M. A, Kruitwagen-van Reenen, E. T.,
Westeneng, H. ]., Visser-Meily, ]. M, ... & Beelen, A. (2020). Discussing
personalized prognosis in amyotrophic lateral sclerosis: development
of a communication guide. BMC neurology, 20(1), 1-11.

https://doi.org/10.1186/s12883-020-02004-8




Villagran, M., Goldsmith, ]., Wittenberg-Lyles, E., & Baldwin, P. (2010). Creating
COMFORT: A communication-based model for breaking bad news.
Communication Education, 59(3), 220-234.

https://doi.org/10.1080/03634521003624031

Walczak, A., Butow, P. N., Davidson, P. M., Bellemore, F. A, Tattersall, M. H., Clayton,
J]. M, .. & Epstein, R. M. (2013). Patient perspectives regarding
communication about prognosis and end-of-life issues: how can it be
optimised?. Patient education and counseling, 90(3), 307-314.

https://doi.org/10.1016/j.pec.2011.08.009

Walker, F. 0. (2007). Huntington's disease. Lancet, 27(2), 143-50.

https://doi.org/10.1055/s-2007-971176

Wallace, J. E. (2012). Mental health and stigma in the medical profession. Health:,

16(1), 3-18. https://doi.org/10.1177/1363459310371080

Walton, C, King, R.,, Rechtman, L., Kaye, W, Leray, E., Marrie, R. A,, ... & Baneke, P.
(2020). Rising prevalence of multiple sclerosis worldwide: Insights
from the Atlas of MS. Multiple Sclerosis Journal, 26(14), 1816-1821.

https://doi.org/10.1177/1352458520970841

Warnock, C., Buchanan, J., & Tod, A. M. (2017). The difficulties experienced by
nurses and healthcare staff involved in the process of breaking bad

news. Journal of advanced nursing, 73(7), 1632-1645.



https://doi.org/10.1111/jan.13252

Warnock, C., Tod, A., Foster, ]., & Soreny, C. (2010). Breaking bad news in inpatient
clinical settings: role of the nurse. Journal of advanced nursing, 66(7),

1543-1555. https://doi.org/10.1111/j.1365-2648.2010.05325.x

Warren, E., Eccles, F., Travers, V., & Simpson, J. (2016). The experience of being
diagnosed with Parkinson's disease. British Journal of Neuroscience
Nursing, 12(6), 288-296.

https://doi.org/10.12968/bjnn.2016.12.6.288

Weilenmann, S., Schnyder, U., Parkinson, B., Corda, C., Von Kaenel, R., & Pfaltz, M.
C. (2018). Emotion transfer, emotion regulation, and empathy-related
processes in physician-patient interactions and their association with
physician well-being: a theoretical model. Frontiers in psychiatry, 9,

389. https://doi.org/10.3389 /fpsyt.2018.00389

White, M., White, C. P., & Russell, C. S. (2007). Multiple sclerosis patients talking
with healthcare providers about emotions. Journal of Neuroscience
Nursing, 39(2), 89-101.

https://doi.org/10.1097/01376517-200704000-00005

Wilkinson, H., Whittington, R., Perry, L, & Eames, C. (2017). Examining the
relationship between burnout and empathy in healthcare

professionals: A systematic review. Burnout research, 6, 18-29.



https://doi.org/10.1016/j.burn.2017.06.003

Winhammar, J. M., Rowe, D. B, Henderson, R. D., & Kiernan, M. C. (2005).
Assessment of disease progression in motor neuron disease. The
Lancet Neurology, 4(4), 229-238.

https://doi.org/10.1016/S1474-4422(05)70042-9

Wollin, J., Dale, H., Spenser, N., & Walsh, A. (2000). What people with newly
diagnosed MS (and their families and friends) need to know.
International Journal of MS Care, 2(3), 29-39.

https://doi.org/10.7224/1537-2073-2.3.29

Yardley, L. (2000). Dilemmas in qualitative health research. Psychology and
health, 15(2), 215-228.

https://doi.org/10.1080/08870440008400302

Yardley, L. (2008). Demonstrating validity in qualitative psychology. Qualitative

psychology: A practical guide to research methods, 2, 235-251.

Yazdannik, A., Abolhassani, S., Taleghani, F., & Zamani, A. (2015). The challenges
of healthcare delivery to people with multiple sclerosis in Iran. Journal

of education and health promotion, 4.



Ytterberg, C., Johansson, S., Gottberg, K., Holmqvist, L. W., & von Koch, L. (2008).
Perceived needs and satisfaction with care in people with multiple
sclerosis: a two-year prospective study. BMC neurology, 8(1), 1-9.

https://doi.org/10.1186/1471-2377-8-36

Yu, ], & Kirk, M. (2009). Evaluation of empathy measurement tools in nursing:
systematic review. Journal of advanced nursing, 65(9), 1790-1806.

https://doi.org/10.1111/j.1365-2648.2009.05071.x

Zaharias, G. (2018). What is narrative-based medicine?: Narrative-based medicine

1. Canadian Family Physician, 64(3), 176-180.

Zarotti, N., Dale, M., Eccles, F., & Simpson, . (2020). Psychological interventions for
people with Huntington's disease: a call to arms. Journal of
Huntington's disease, (Preprint), 1-13.

https://doi.org/10.1136/jnnp-2021-EHDN.112

Zarotti, N., Mayberry, E., Ovaska-Stafford, N., Eccles, F., & Simpson, ]. (2021).
Psychological interventions for people with motor neuron disease: a
scoping review. Amyotrophic Lateral Sclerosis and Frontotemporal
Degeneration, 22(1-2), 1-11.

https://doi.org/10.1080/21678421.2020.1788094

Zielinska, P., Jarosz, M., Kwiecinska, A., & Betkowska-Korpata, B. (2017). Main

communication barriers in the process of delivering bad news to



oncological patients: medical perspective. Folia Medica Cracoviensia,

57(3).

Zimmermann, C., Del Piccolo, L., & Finset, A. (2007). Cues and concerns by patients
in medical consultations: a literature review. Psychological bulletin,

133(3), 438. https://doi.org/10.1037/0033-2909.133.3.438

Appendix 1

Ethics Applications and Ethics Approval Letters

Full Set of Project Data IRAS Version 5.21




Full Set of Project Data IRAS Version 5.21

Vi Scotland
_ | Wales
v Northern Ireland

3a. In which country of the UK will the lead NHS R&D office be located:

@ England

) Scotland

) Wales

() Northern Ireland

() This study does not involve the NHS




Full Set of Project Data IRAS Version 5.21

Please see information button for further details. |

5b. Do you wish to make an application for the study to be considered for NIHR Clinical Research Network (CRN)
Support and inclusion in the NIHR Clinical Research Network Portfolio?

Please see information button for further details.

@Yes ()No

The NIHR Clinical Research Network (CRN) provides researchers with the practical support they need to make clinical
studies happen in the NHS in England e.g. by providing access to the people and facilities needed fo carry out research “on
the ground™.

If you select yes to this question, information from your IRAS submission will automatically be shared with the NIHR CRN.
Submission of a Portfolio Application Form (PAF) is no longer required.

6. Do you plan to include any participants who are children?

OYes @No

7. Do you plan at any stage of the project to undertake intrusive research involving adults lacking capacity to consent
for themselves?
OYes @No

Q

Answer Yes if you plan to recruit living participants aged 16 or over who lack capacity, or to retain them in the study following
loss of capacity. Intrusive research means any research with the living requiring consent in law. This includes use of
identifiable tissue samples or personal information, except where application is being made to the Confidentiality Advisory
Group to set aside the common law duty of confidentiality in England and Wales. Please consult the guidance notes for
further information on the legal frameworks for research involving adults lacking capacity in the UK.

8. Do you plan to include any participants who are prisoners or young offenders in the custody of HM Prison Service or
who are offenders supervised by the probation service in England or Wales?

JYes @ No

9. Is the study or any part of it being undertaken as an educational project?

@®Yes (HNo

Please describe briefly the involvement of the student(s):
The student (also applicant) is undertaking this study as a part of his PhD in Health Research.

9a. Is the project being undertaken in part fulfilment of a PhD or other doctorate?

@Yes [ )No

10. Will this research be financially supported by the United States Department of Health and Human Services or any of
its divisions, agencies or programs?

Yes @ No

11. Will identifiable patient data be accessed outside the care team without prior consent at any stage of the project
(including identification of potential participants)?




Full Set of Project Data IRAS Version 5.21

) Yes @ No




Full Set of Project Data IRAS Version 5.21

Integrated Research Application System
Application Form for Research administering questionnaires/interviews for quantitative analysis or mixed

methodology study

The Chief Investigator should complete this form. Guidance on the questions is available wherever you see this
symbol displayed. We recommend reading the guidance first. The complete guidance and a glossary are available by
selecting Help.

Please define any terms or acronyms that might not be familar to lay reviewers of the application.

Short title and version number: (maximum 70 characters - this will be inserted as header on all forms)
Neurologists’ practice and experiences in breaking bad news (V1)

AA1. Full title of the research:

Neurologists' current practice and perspectives on communicating a diagnosis of a progressive neurological
condition: a survey study

A2-1. Educational projects

Name and contact details of student(s):

Student 1
Title Forename/Initials Surname
M. Eleftherios Anestis
Address 17 Kingsley House
15 Newton Street
Manchester
Post Code M1 1HE
E-mail e.anestis@lancaster.ac.uk
Telephone 07596237204
Fax 0

Give details of the educational course or degree for which this research is being undertaken:

Name and level of course/ degree:
PhD in Health Research

Name of educational establishment:
Lancaster University

Name and contact details of academic supervisor(s):

Academic supervisor 1

Title Forenamel/Initials Surname
Prof Jane Simpson




Full Set of Project Data

Address Fumess College, Lancaster University, Bailrigg
Lancaster
United Kingdom
Post Code LA14YG
E-mail simpson2@lancaster.ac.uk
Telephone +44 (0) 1524 592858
Fax 000000000
Academic supervisor 2
Tite Forename/Initials Surname
Dr. lan Fletcher
Address Fumess College, Lancaster University, Bailrigg
Lancaster
United Kingdom
Post Code LA14YG
E-mail i.j.fletcher@lancaster.ac.uk
Telephone +44 (0) 1524 593301
Fax 000000000
Academic supervisor 3
Title Forenamel/lnitials Surname
Dr. Fiona Eccles
Address Fumess College, Lancaster University, Bailrigg
Lancaster
United Kingdom
Post Code LA14YG
E-mail f.eccles@lancaster.ac.uk
Telephone +44 (0)1524 592807
Fax 000000000

IRAS Version 5.21

Please state which academic supervisor(s) has responsibility for which student(s):
Please click "Save now" before completing this table. This will ensure that all of the student and academic supervisor

details are shown correctly.

Student(s)

Student 1 M. Eleftherios Anestis

Academic supervisor(s)

v Prof Jane Simpson
v Dr. lan Fletcher

+/ Dr. Fiona Eccles

A copy of a current CV for the student and the academic supervisor (maximum 2 pages of A4) must be submitted with the

application.

A2-2. Who will act as Chief Investigator for this study?

() Student

(@) Academic supervisor

() Other




Full Set of Project Data IRAS Version 5.21

A3-1. Chief Investigator:

Title Forename/Initials Surname

Prof Jane Simpson
Professor in Psychology of neurodegenerative conditions, Director of Education,
Post Division of Health Research, Lancaster University Assistant Dean, Faculty of Health
and Medicine, Lancaster University
Qualifications St(i:tl)inl’;:’ysychology
ORCID ID 0000 0001 50714077
Employer Lancaster University
Work Address Furness College, Lancaster University, Bailrigg
Lancaster
United Kingdom
Post Code LA14YG
Work E-mail simpson2@lancaster.ac.uk
* Personal E-mail
Work Telephone +44 (0) 1524 592858
* Personal Telephone/Mobile
Fax 0

* This information is optional. It will not be placed in the public domain or disclosed fo any other third party without prior
consent.
A copy of a current CV (maximum 2 pages of A4) for the Chief Investigator must be submitted with the application.

A4. Who is the contact on behalf of the sponsor for all correspondence relating to applications for this project?
This contact will receive copies of all correspondence from REC and HRA/R&D reviewers that is sent to the CI.

Title Forename/Initials Surname

Mrs Becky Gordon
Address Head of Research Quality and Policy
Lancaster University
Post Code LA14YW
E-mail sponsorship@lancaster.ac.uk
Telephone +44 (0)1524 592981
Fax 0

A5-1. Research reference numbers. Please give any relevant references for your study:

Applicant's/organisation’s own reference number, e.g. R & D (if EHMREC17106
available):

Sponsor's/protocol number: n/a

Protocol Version: 0.1

Protocol Date: 01/07/2019
Funder’s reference number (enter the reference number or state not NA
applicable):

Project

website: B

Additional reference number(s):
]



Full Set of Project Data IRAS Version 5.21

Ref.Number Description Reference Number

Registration of research studies is encouraged wherever possible. You may be able to register your study through
your NHS organisation or a register run by a medical research charity, or publish your protocol through an open

access publisher. If you have registered your study please give details in the "Additional reference number(s)”
section.

A5-2. Is this application linked to a previous study or another current application?

- M\
®Yes (ONo

Please give brief details and reference numbers.
266719

A6-1. Summary of the study. Please provide a brief summary of the research (maximum 300 words) using language
easily understood by lay revit s and members of the public. Where the research is reviewed by a REC within the UK
Health Departments’ Research Ethics Service, this summary will be published on the Health Research Authority (HRA)
website following the ethical review. Please refer to the question specific guidance for this question.

How healthcare professionals deliver a diagnosis can affect the patient's understanding of the disease, involvement
in decision making and psychological adjustment. Although research has focused in bad news in oncology, studies of
patients with neurological conditions have reported a general dissatisfaction with how their diagnosis was disclosed.
On the other hand, research on doctors’ perspectives on breaking bad news is limited, especially in the field of
neurology. This study is employing a survey research design to assess neurologists’ current practice in the UK and
experiences in delivering a diagnosis (focusing on Parkinson's disease, multiple sclerosis and motor neurone
disease). Participants will be consultants and in-training neurologists practicing in the UK and will be asked

questions regarding the timing, duration, content and also the challenges of a consultation of this nature. This work

will provide details on current practice of delivering a diagnosis of a neurological condition but also an understanding
on clinicians’ perspectives on this challenging clinical task.

A6-2. Summary of main issues. Please summarise the main ethical, legal, or management issues arising from your study
and say how you have addressed them.

Not all studies raise significant issues. Some studies may have straightforward ethical or other issues that can be identified
and managed routinely. Others may present significant issues requiring further consideration by a REC, R&D office or other
review body (as appropriate to the issue). Studies that present a minimal risk to participants may raise complex

organisational or legal issues. You should try to consider all the types of issues that the different reviewers may need to
consider.

Research purpose and design

The need for this project emerged after a number of patient studies with progressive neurological conditions have
indicated that the process of diagnosis delivery is not always optimal. Negative experiences of diagnosis
communication can have an impact on patients’ satisfaction with healthcare and long-term adjustment and
management of the disease. However, although there is a respectable amount of studies from the patients'
perspectives, health professionals’ views have been somehow neglected by health research, especially those
working in fields other than Oncology. This survey aims to give voice to neurologists practicing in the UK to report their
current practice and their experiences of disclosing a diagnosis for Parkinson's disease, Motor neurone disease,
multiple sclerosis or Huntington's disease. The survey was based on Aoun’s et al. (2016) survey, which had similar
aims to ours, but adjusted to include all conditions under study and other variables crucial to diagnosis delivery
identified by studies on the topic and practice guidelines. In addition, two practising neurologists have provided
feedback on earlier drafts of this survey in order to make sure that it would be sound from a medical perspective,
understandable, relevant to their practice and interesting.
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Recruitment

Participants will be recruited online mainly via survey advertisements on the website of the Association of British
Neurologists (ABN) and British neurology-related twitter accounts. Face to face recruitment will include the promotion
of the survey in professionals meetings of neurologists practising in the UK (such as the ABN annual meeting) and
collaborations with neurology departments in the NHS. EA will get in contact with participating NHS sites to inform the
R&Ds about the study and share the advertising materials who will then distribute them to potential participants and
enable recruitment, for example by approaching them face to face or sending emails with the advertising material to
potential participants.

Inclusion/exclusion

Qualified neurologists practising in the UK and neurology trainees with experience in delivering diagnoses for motor
neurodegenerative disorders will be recruited for this study. Participants need to have experience in giving diagnoses
for at least one motor neurodegenerative disease. There will be no age (the minimum age is the earliest someone
can begin the training in neurology, at about 25 and the maximum is the age of retirement, at about 65) or gender
restrictions or restrictions related to the country where the participants were frained, but they will need to be currently
practising in the UK. Additionally, there will be no excluding criteria based on neurologists’ practising within the private
or public sector.

Consent

In the online form of the survey, a participant information sheet will be presented to the participants before completing
any questions. This will inform participants about the aims and content of this survey. Before proceeding to the survey
participants will have to read the consent form and confirm that they have understood the aim and the nature of the
survey as well as the ethical implications of taking part in the study. If they do not confirm and therefore do not give
consent to participate, they will be transferred to the end of the survey and will not be able to participate. The same
introductory text and consent form will be used in a cover sheet for the printed version of the survey. Participants will
have to tick the consent form box but since this is an anonymous survey they will not have to provide their name.

Risks and benefits

Surveys will be completed anonymously and it will not be possible to identify participants through their responses. At
the same time, since data is collected anonymously, it is impessible for them to withdraw from the study once they
have submitted their answers. In addition, demographic data required for participation in this study do not contain any
elements that participants could find intrusive. In general, we feel that assessing neurologists current practice does
not raise any serious ethical considerations and risks. It might be possible for participants to feel their practice is
being judged, but we hope they will view completing the survey as an opportunity to reflect on their own practice in
breaking bad news. Moreover, the questions have been carefully worded so that they do not reflect a judgemental
attitude. Additionally, in the rare case that the questions regarding their personal experiences and emotions in
response to delivering a diagnosis induces significant distress, we will encourage neurologists to seek professional
help through their professional organisation or contact a NHS approved helpline, whose link we are going to provide
both in the participant information and the debriefing sheet.

There are not any direct benefits to participants in this study, but we feel that the doctors completing the survey will
consider it a positive experience in general. Firstly, they will get the chance to reflect on this aspect of their clinical work
and possibly identify areas of improvement and/or feel confident about their overall performance in delivering a
diagnosis. Moreover, we hope that they will find looking back on their experiences and emotions involved in this task
as a beneficial process. Furthermore, the survey gives doctors the opportunity to address potential barriers in
delivering an optimal consuitation such as time constraints and excessive workload. Finally, the project whose this
study is a part of, aims at the development of a better understanding of the neurologists’ perspectives on breaking a
diagnosis, so they can be better supported/trained in delivering more efficient diagnostic consultations.

Confidentiality

The surveys will be completed anonymously and no sensitive personal information that would lead to the identification
of a participant will be asked. Any data provided by the participants will be treated as confidential and only the research
team will have access to the raw data, which will be securely stored in the university’s server. However, in case that a
participant provides identifying information to an open-ended question, these will be anonymised if they are going to
be used as direct quotations. Prior to completing the survey, participants will be asked to read the introductory text
which includes information about confidentiality and anonymity and give consent to participate in the study by
proceeding to complete the survey.
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AT. Select the appropriate methodology description for this research. Please tick all that apply:

__| Case series/ case note review
__ Case control
| Cohort observation
Controlled trial without randomisation
Cross-sectional study
Database analysis
Epidemiology
Feasibility/ pilot study
__ Laboratory study
__ Metanalysis
__ Qualitative research
+ Questionnaire, interview or observation study
__ Randomised controlled trial

__ Other (please specify)

A10. What is the principal research question/objective? Please put this in language comprehensible to a lay person.

The survey's main objective is to develop an understanding on neurologists’ practice and experiences in delivering the
diagnosis of motor neurone disease, Parkinson's disease, Huntington's disease and multiple sclerosis in the UK.

A11. What are the secondary research questions/objectives if applicable? Please put this in language comprehensible to
a lay person.

To examine how neurologists' practice in the UK compares to international diagnosis communication guidelines and
patients’ preferences, which have been expressed through health research.

To investigate potential factors which influence neurologists' practice and challenges that they may be facing such as
time constraints, emotional burden, need for further training etc.

A12. What is the scientific justification for the research? Please put this in language comprehensible to a iay person.

The communication of a diagnosis of a severe condition is a critical moment for the patient receiving the news, but
also a challenging clinical task for doctors, especially when the diagnosis. Most research on this topic has been
conducted within the field of oncology and especially from the patient's perspective. Studies have shown that the the
perceived quality of the diagnosis delivery has been associated with enhanced patient satisfaction, understanding of
the disease, involvement in decision making, better psychological adjustment but also, when conducted poorly, with
prolonged patient distress, confusion and poor treatment adherence. Studies from the professionals' perspective
indicate that bad news delivery is an emotionally burdensome and stressful task and optimal diagnosis delivery is
affected

Breaking bad news may refer either to the delivery of the diagnosis of a condition or the delivery of a poor prognosis or
any other information that are generally considered negative, such as the death of a loved one or the transition to end
of life care. After having expressed their disclosure preferences through health research, the majority of patients
(especially in western countries) are now fully informed about their diagnosis (Keating, Nayeem, Gilmartin & O'Keeffe,
2005S). However, the way health care professionals deliver this task can be critical. Patients seem to prefer
professionals who seem honest, use simple language but are also empathic and knowledgeable (Girgis, Sanson-
Fisher & Schofield, 1999). Studies have shown that when the delivery of a serious diagnosis is not delivered in an
appropriate way, it can cause prolonged patient distress, confusion and poor treatment adherence (Fallowfield &
Jenkins, 2004). How bad news is disclosed can also affect the patient’s understanding of the disease (Kaplowitz,
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Osuch, Safron & Campo, 1999), involvement in decision making and psychological adjustment (Roberts, Cox,
Reintgen, Baile & Gibertini, 1994).

Breaking bad news is undoubtedly an emotionally burdensome task and, today, although several different protocols
for breaking bad news have been suggested (Dean & Willis, 2016), this aspect of communication is still challenging
for professionals; moreover, the effectiveness of training programs that aim to enhance their communicational skills is
in some cases questionable (Fallowfield & Jenkins, 2004; Salmon & Young, 2017). Research regarding the doctor's
perspectives on breaking bad news is limited and most of the research has been conducted within the field of
oncology with findings highlighting the difficulty in achieving a balance between being honest and adequately
informing patients while sustaining their hope for a successful recovery (Bousquet et al., 2015). Moreover, studies
using self-report and studies using psychophysiological measures indicate that doctors experience moderate levels
of stress during the delivery of bad news, with stress reactions lasting for hours or even days after the consultation
(Studer, Danuser & Gomez, 2017). Apart from dealing with stress, physicians experience strong emotions of anger
and guilt, powerlessness to make a positive difference and their own personal fear of death. It is also often that factors
such as time

constraints, intercultural differences in relation to the disclosure of a diagnosis and lack of private space can make
such an intrinsically difficult consultation even more challenging (Bousquet et al., 2015; Ptacek & Mcintosh, 2009).

As previously mentioned, most studies on the delivery of bad news have been conducted within the field of oncology.
However, the delivery of bad news can be a critical issue in other medical specialties such as neurology Shorstein
(2011) argues that when breaking bad news, neurologists are dealing with specific challenges that relate to special
medical considerations and the emotional aspects of neurological diseases. In particular, several chronic
neurological conditions, such as Parkinson's disease (PD), Multiple Sclerosis (MS) and Huntington's disease (HD),
are incurable, have a progressive nature and cause physical and cognitive disabilities (Shorstein, 2011), while others,
such as motor neurone disease (MND), can also be life threatening (Winhammar, Rowe, Henderson & Kiernan,
2005).

The critical role of effective communication in breaking bad news in these diseases has been made apparent by
studies of patients and their families that explore their experiences with receiving a diagnosis. In qualitative studies,
patients with PD have reported a lack of compassion and sensitivity by doctors who delivered the diagnosis, who also
dedicated inadequate time for the consultation and did not provide straightforward answers (Warren, Eccles, Travers &
Simpson, 2016; Phillips, 2006). Similarly, patients with MS, in a qualitative study by Edwards, Barlow and Tumer
(2007), also reported negative experiences such as being informed through the telephone or in a ‘casual’' manner by
‘unsympathetic’ professionals, experiences that elicited emotions of shock, disappointment and anger towards the
doctors. Furthermore, MND studies indicate that a great proportion of patients and their families expressed their
dissatisfaction with the communication of the diagnosis, especially regarding the lack of empathy during the process
and the insufficient time spent or neurologists’ knowledge about MND (Mccluskey, Casarett & Siderowf, 2004; Aoun et
al., 2016b; Aoun et al., 2017).

Despite all these critical issues and the notion that in order to improve the process of breaking bad news, the doctor's
perspective should also be taken into account, little research has been conducted on the latter in the field of neurology.
Empirical data on this topic are mostly derived from survey studies assessing neurologists’ attitudes and current
practices. In the case of MS, for example, the difficulty of reaching a ‘clinically definite’ diagnosis can affect the timing of
disclosure of the bad news or the terminology used, with surveys indicating that neurologists often use vague terms
such as ‘demyelinating disease’ and avoid talking about a possible MS diagnosis (Martinelli et al., 2012; Heesen,
Kolbeck, Gold, Schulz & Schulz, 2003). However, such practices may trigger uncertainty or feelings of deception to
patients, factors that could then have a negative impact on the patient-doctor relationship. Studies about delivering the
diagnosis of MND indicate a lack of formal training on breaking bad news and a need to show greater empathy
(Schellenberg, Schofield, Fang & Johnston, 2014). In addition, most neurologists in an Australian survey (Aoun et al.,
2016a) seem to find the disclosure of an MND diagnosis as ‘very to somewhat difficult’ task that induces stress and
anxiety. Being honest and sustaining hope, investing enough time to the consultation and dealing with the recipient’s
emotions were considered challenging aspects of the task. Moreover, a qualitative study of GPs (Pinder, 1992)
describes how reaching a diagnosis for early PD is difficult and often comes as a relief for both themselves and the
patients. The diagnosis was conceptualised as a point of maximum theoretical coherence for them, which could
enable them to take action and initiate treatment. Factors such as the old age of the patient and the ‘mild’ nature of PD
compared to other neurological conditions, such as MS or MND, made breaking bad news a less distressing task.
The aim of this study is to assess UK neurologists’ current practice on breaking a diagnosis of a neurological
disease, in particular PD, MS, HD and MND. Currently there are no studies from the UK on this topic, so the aim of the
study is to explore different aspects of the process, such as the timing, duration and challenges of communicating a
diagnosis of this nature. In addition, potential factors affecting practice and differences between delivering the
diagnosis for different conditions will also be explored and doctors’ communication training needs will be assessed.
Ideally, this work will provide detail on current practice of diagnosis but also clinicians’ perspectives on whether this
current practice currently works well. A further aim of the survey will be to inform the design of qualitative studies which
will explore these issues in more detail using a different research method.

A13. Please summarise your design and methodology. /f should be clear exactly what will happen to the research
participant, how many times and in what order. Please complete this section in language comprehensible to the lay person.
Do not simply reproduce or refer to the protocol. Further guidance is available in the guidance notes.

1"
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This study is going to employ a survey research design. The survey has been structured after a comprehensive review
of the relevant literature and similar surveys assessing physicians’ perspectives, such as Aoun et al. (2016a) who
provided us with the survey they used, practices on breaking bad news and guidelines, such as the NICE guidelines
for communicating with patients. The survey will comprise 44 questions grouped in four sections; basic demographic
information, current practice, the experience of breaking bad news and education and training needs. The questions
will be mainly closed with a few additional open-ended questions where participants will be asked to elaborate on
their answers or provide any further comments if they want to.

According to a 2016-2017 census, about 850 neurology consultants are practising in the UK (Royal College of
Physicians, 2017) and the expected retumn rate for studies of this nature is 10%. We believe that by recruiting
consultants and some neurology registrars, we will have a sample of minimum 100 participants, which would be
sufficient for this survey since we are mainly looking to generate descriptive statistics and associations.

A14-1. In which aspects of the research process have you actively involved, or will you involve, patients, service users,
and/or their carers, or members of the public?

__ Design of the research

__Management of the research

__ Undertaking the research

__ Analysis of results

__ Dissemination of findings

v None of the above

Give details of involvement, or if none please justify the absence of involvement.

This survey is going to be administered to neurologists and two consultant neurologists have been involved in the
process of the construction and refinement of the survey. Data from patient studies which have highlighted important
aspects of doctor-patient communication at the time of diagnosis have also informed the construction of the survey.

A15. What is the sample group or cohort to be studied in this research?
Select all that apply:

Blood
Cancer
__ Cardiovascular
__ Congenital Disorders
__ Dementias and Neurodegenerative Diseases
__ Diabetes
Ear

_ Eye
+ Generic Health Relevance
__ Infection

__ Inflammatory and Immune System

__ Injuries and Accidents
__Mental Health
__ Metabolic and Endocrine
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__Musculoskeletal
v Neurological
__ Oral and Gastrointestinal
__|Paediatrics
F] Renal and Urogenital
F Reproductive Health and Childbirth
|l Respiratory
Skin
Stroke

Gender:
Lower age limit: 25
Upper age limit: 120

IRAS Version 5.21

Male and female participants
Years

Years

A17-1. Please list the principal inclusion criteria (list the most important, max 5000 characters).

Currently practising in the UK as a consultant or in-training neurologist
Experience of giving bad news for at least one of the conditions under study (PD, MS, HD, MS)

A17-2. Please list the principal exclusion criteria (list the most important, max 5000 characters).

No experience of giving bad news for at least one of the conditions under study
Practising outside the UK or practising in Wales

A18. Give details of all non-clinical intervention(s) or procedure(s) that will be received by participants as part of the
research protocol. These include seeking consent, interviews, non-clinical observations and use of questionnaires.

Please complete the columns for each intervention/procedure as follows:
1. Total number of interventions/procedures to be received by each participant as part of the research protocol.

2. If this intervention/procedure would be routinely given to participants as part of their care outside the research,
how many of the total would be routine?

3. Average time taken per intervention/procedure (minutes, hours or days)
4. Details of who will conduct the intervention/procedure, and where it will take place.

Intervention or procedure 123 4

Reading the information sheet and deciding whether they want to 10 100 The participants
proceed to the survey. themselves
Completing the survey 1 0 10-15' Self-administered

questionnaires

A21. How long do you expect each participant to be in the study in total?

Maximum 15 minutes

A22. What are the potential risks and burdens for research participants and how will you minimise them?

For all studies, describe any potential adverse effects, pain, discomfort, distress, infrusion, inconvenience or changes
to fifestyle. Only describe risks or burdens that could occur as a result of participation in the research. Say what steps
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would be taken to minimise risks and burdens as far as possible.

Surveys will be completed anonymously and it will not be possible to identify participants through their responses. At
the same time, since data is collected anonymously, it is impossible for them to withdraw from the study once they
have submitted their answers. In addition, demographic data required for participation in this study do not contain any
elements that participants could find intrusive. In general, we feel that assessing neurologists current practice does
not raise any serious ethical considerations. It might be possible for participants to feel their practice is being judged,
but we hope they will view completing the survey as an opportunity to reflect on their own practice in breaking bad
news. Moreover, the questions have been carefully worded so that they do not reflect a judgemental attitude.
Additionally, in the rare case that the questions regarding their personal experiences and emotions in response to
delivering a diagnosis induces significant distress, we will encourage neurologists to seek professional help
through their professional organisation or contact a NHS approved helpline, whose link we are going to provide in the
participant information sheet.

A23. Will interviews/ questionnaires or group discussions include topics that might be sensitive, embarrassing or
upsetting, or is it possible that criminal or other disclosures requiring action could occur during the study?

" ' 2
@ Yes (JNo

If Yes, please give details of procedures in place to deal with these issues:

Although we do not feel that the questions of the survey could be upsetting, some participants might feel that their
practice is being judged and that questions about their experiences of breaking bad news are sensitive.

In the unlikely event of participants disclosing what appears to be unprofessional practice, this will be immediately
discussed with the supervisory team.

A24. What is the potential for benefit to research participants?

There are not any direct benefits to participants in this study, but we feel that the doctors completing the survey will
consider it a positive experience in general. Firstly, they will get the chance to reflect on this aspect of their clinical work
and possibly identify areas of improvement and/or feel confident about their overall performance in delivering a
diagnosis. Moreover, we hope that they will find looking back on their experiences and emotions involved in this task
as a beneficial process. Furthermore, the survey gives doctors the opportunity to address potential barriers in
delivering an optimal consultation such as time constraints and excessive workload. Finally, the project whose this
study is a part of, aims at the development of a better understanding of the neurologists’ perspectives on breaking a
MNDD diagnosis, so they can be better supported/trained in delivering more efficient diagnostic consuitations.

A26. What are the potential risks for the researchers themselves? (if any)

Neither the nature of this project nor the methodology employed are expected to pose any potential risks for the
researcher.

A27-1. How will potential participants, records or samples be identified? Who will carry this out and what resources
will be used?For example, identification may involve a disease register, computerised search of social care or GP records,
or review of medical records. Indicate whether this will be done by the direct care team or by researchers acting under
arrangements with the responsible care organisation(s).

The research team intends to collaborate with NHS neurology depariments around the country (starting with the R&D
host for this project) so that the link for the survey is distributed to consultant neurologists and neurologist registrars
(note that the researchers will not have access to potential participants' emails, the survey will be circulated by a
member of the neurology team, a research nurse or admin staff of the participating site that already has access to
these emails). We will also ask participating sites for permission to attend staff meetings of the neurology teams in
order to inform potential participants about the nature and aim of the survey and ask if they would like to participate
complete either the online or the print version of the survey.
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A27-2. Will the identification of potential participants involve reviewing or screening the identifiable personal
information of patients, service users or any other person?

JYes @ No

Please give details below:

A28. Will any participants be recruited by publicity through posters, leaflets, adverts or websites?

wYes [ No
If Yes, please give details of how and where publicity will be conducted, and enclose copy of all advertising matenal

(with version numbers and dates).

The survey is going to be advertised through the Association of British Neurologists website and UK neurology-
related twitter pages. A copy of the advertising material has been enclosed.

A29. How and by whom will potential participants first be approached?

Apart from online recruiting, Eleftherios Anestis will be approaching potential participants through the establishment of
collaborations with neurology departments in the NHS and the attendance of neurologists' meetings.

A30-1. Will you obtain informed consent from or on behalf of research participants?

») Yes (O No

If you will be obtaining consent from adult participants, please give details of who will take consent and how it will be
done, with details of any steps to provide information (a written information sheet, videos, or interactive matenal).
Arrangements for adults unable to consent for themselves should be described separately in Part B Section 6, and for
children in Part B Section 7.

If you plan to seek informed consent from vuinerable groups, say how you will ensure that consent is voluntary and
fully informed.

In the online form of the survey, a participant information sheet will be presented to the participants before completing
any questions. This will inform participants about the aims and content of this survey and will make clear that by
proceeding to the survey they are providing consent for the use of their data for research. The same introductory text
will be used in a cover sheet for the printed version of the survey and will be making clear that by completing the
survey, they are giving consent to participate in this research.

If you are not obtaining consent, please explain why not.

Please enclose a copy of the information sheet(s) and consent form(s).

A30-2. Will you record informed consent (or advice from consultees) in writing?

(OYes (@ No

If No, how will it be recorded?
The information sheet will make it clear to participants that by proceeding to complete either the online or print form
of the survey, they are providing consent. A copy of the information sheet is enclosed.

A31. How long will you allow potential participants to decide whether or not to take part?

Potential participants completing the survey online can have as much time they want to decide whether they want o
participate or not and can use the survey link to re-read the information sheet again. Potential participants approached
in person will be given time to read the information sheet and decide if they want to participate and can be also
informed about the online version and be provided with the link should they require more time to decide if they want to
take part or not.
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A33-1. What arrangements have been made for persons who might not adequately understand verbal explanations or
written information given in English, or who have special communication needs?(e.g. translation, use of interpreters)

No translation or use of interpretation arrangements have been made. Since participants will be practising in the NHS
they are most likely expected to be fluent in English.

A35. What steps would you take if a participant, who has given informed consent, loses capacity to consent during the
study? Tick one option only.

() The participant and all identifiable data or tissue collected would be withdrawn from the study. Data or tissue which
is not identifiable to the research team may be retained.
() The participant would be withdrawn from the study. Identifiable data or tissue already collected with consent would

be retained and used in the study. No further data or tissue would be collected or any other research procedures carried
out on or in relation to the participant.

() The participant would continue to be included in the study.
() Not applicable — informed consent will not be sought from any participants in this research.

@) Not applicable — it is not practicable for the research team to monitor capacity and continued capacity will be
assumed.

Further details:

A36. Will you be undertaking any of the following activities at any stage (including in the identification of potential
participants)?(Tick as appropriate)
Access to medical records by those outside the direct healthcare team
Access to social care records by those outside the direct social care team
Electronic transfer by magnetic or optical media, email or computer networks
Sharing of personal data with other organisations
__ Export of personal data outside the EEA
__ Use of personal addresses, postcodes, faxes, emails or telephone numbers
+ Publication of direct quotations from respondents
__ Publication of data that might allow identification of individuals
__ Use of audiolvisual recording devices

__ Storage of personal data on any of the following:

| Manual files (includes paper or film)
| NHS computers
| Social Care Service computers
| Home or other personal computers
__| University computers
__| Private company computers

__| Laptop computers
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Further details:

Apart from some basic demographic data, no personal information that could lead to participant identification will be
asked in this survey. In case they provide identifiable information in the open-questions of the survey, these will be
anonymised if they are going to be used as direct quotations in the publication of the research.

A37. Please describe the physical security arrangements for storage of personal data during the study?

Anonymized data collected through Qualtrics will be downloaded and stored in the student’s secure, online storage
system recommended by the university, the LU box, where they will be ecrypted. Data from the printed version of the
survey will be imported in SPSS in order to be saved in digital form and will be stored on the University server as well
and completed printed versions of the survey will then be destroyed. Following the completion of the study, data will be
encrypted and securely stored within the Division of Health Research in line with Lancaster University and Data
Protection Act (1998). Data will be stored in a password protected file on the university’s secure server for ten years
and if the work is published, data will be stored for five additional years from the date of publication. Jane Simpson will
be responsible for the protection of the data after the student has finished with his studies in Lancaster University.

A38. How will you ensure the confidentiality of personal data?Please provide a general statement of the policy and
procedures for ensuring confidentiality, e.g. anonymisation or pseudonymisation of data.

The surveys will be completed anonymously and no sensitive personal information that would lead to the identification
of a participant will be asked. Any data provided by the participants will be treated as confidential and only the research
team will have access to the raw data, which will be securely stored in the university’s server. However, in case that a
participant provides identifying information to an open-ended question, these will be anonymised if they are going to
be used as direct quotation

A40. Who will have access to participants’ personal data during the study? Where access is by individuals outside the
direct care team, please justify and say whether consent will be sought.

Only the research team.

A41. Where will the data generated by the study be analysed and by whom?

Data from the survey will be imported to SPSS and analysed by Eleftherios Anestis in his university computer. Data will
not be transferred using USB sticks and will be stored in the secure online cloud service approved by Lancaster
University (LU Box).

A42. Who will have control of and act as the custodian for the data generated by the study?

Title Forename/Initials Surname

Prof Jane Simpson
Professor in Psychology of neurodegenerative conditions and Director of Education, Division of
Post Health Research, Lancaster University Assistant Dean, Faculty of Health and Medicine,
Lancaster Universit
Qualifications gt(x:li)inl;:;ychology
Work Address Division of Health Research, Furness College, Lancaster University, Lancaster
Lancaster
United Kingdom
Post Code LA14YG
Work Email j-.simpson2@lancaster.ac.uk

Work Telephone  +441524593301
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AA43. How long will personal data be stored or accessed after the study has ended?
@) Less than 3 months

)3 -6 months

() 6 =12 months

) 12 months — 3 years
) Over 3 years

AA44, For how long will you store research data generated by the study?
Years: 10

Months: 0

A45. Please give details of the long term arrangements for storage of research data after the study has ended.Say
where data will be stored, who will have access and the arrangements to ensure security.

Data will be stored in a password protected file on the university’s secure server for ten years and if the work is

published, data will be stored for five additional years from the date of publication. Jane Simpson will be responsible
for the protection of the data after the student has finished with his studies in Lancaster University.

A46. Will research participants receive any payments, reimbursement of expenses or any other benefits or incentives
for taking part in this research?

OYes  @No

A47. Will individual researchers receive any personal payment over and above normal salary, or any other benefits or
incentives, for taking part in this research?

JYes @ No

A48. Does the Chief Investigator or any other investigator/collaborator have any direct personal involvement (e.g.
financial, share holding, personal relationship etc.) in the organisations sponsoring or funding the research that may
give rise to a possible conflict of interest?

(JYes @ No

A49-1. Will you inform the participants’ General Practitioners (and/or any other health or care professional responsible
for their care) that they are taking part in the study?

OYes @ No

If Yes, please enclose a copy of the information sheet/letter for the GP/health professional with a version number and date.
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A50-1. Will the research be registered on a public database?
OYes @ No

Please give details, or justify if not registering the research.
This is non-clinical, questionnaire study

Registration of research studies is encouraged wherever possible.
You may be able to register your study through your NHS organisation or a register run by a medical research charnity,
or publish your protocol through an open access publisher. If you are aware of a suitable register or other method of

publication, please give details. If not, you may indicate that no suitable register exists. Please ensure that you have
entered registry reference number(s) in question A5-1.

A51. How do you intend to report and disseminate the results of the study? Tick as appropriate:

+/ Peer reviewed scientific journals
+/ Internal report
+ Conference presentation
| Publication on website
__| Other publication
__| Submission to regulatory authorities

__| Access to raw data and right to publish freely by all investigators in study or by Independent Steering Committee
on behalf of all investigators

F| No plans to report or disseminate the results
v Other (please specify)
Part of the PhD thesis of Eleftherios Anestis

A52. If you will be using identifiable personal data, how will you ensure that anonymity will be maintained when
publishing the results?

Anonymisation of any direct quotations that could lead to participant identification

A53. How and when will you inform participants of the study results?

If there will be no arrangements in place to inform participants please justify this.
Although we will not inform participants individually - since we will not have their personal data (e.g email addresses)

to do so, we will inform the ABN about the publication of this study in case they want to include a link to the study in
their newsletter.

A54-1. How has the scientific quality of the research been assessed? Tick as appropriate:
Ll Independent external review
El Review within a company
|| Review within a multi-centre research group
v Review within the Chief Investigator’s institution or host organisation
v Review within the research team
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v Review by educational supervisor
F Other

Justify and describe the review process and outcome. If the review has been undertaken but not seen by the
researcher, give details of the body which has undertaken the review:

The study has been designed under the supervision of Eleftherios’ Anestis work by the rest of the research team (Prof
Jane Simpson, Dr lan Fletcher and Dr Fiona Eccles) and it has also received ethical approval by Lancaster University,
Faculty of Health and Medicine Ethics Committee (approval letter enclosed).

For all studies except non-doctoral student research, piease enclose a copy of any available scientific critique reports,
together with any related correspondence.

For non-doctoral student research, please enclose a copy of the assessment from your educational supervisor/ institution.

A56. How have the statistical aspects of the research been reviewed? Tick as appropriate:

| Review by independent statistician commissioned by funder or sponsor
F Other review by independent statistician

__| Review by company statistician

F Review by a statistician within the Chief Investigator’s institution

__| Review by a statistician within the research team or multi-centre group
| Review by educational supervisor

| Other review by individual with relevant statistical expertise

+ No review necessary as only frequencies and associations will be assessed — details of statistical input not
required

In all cases please give details below of the individual responsible for reviewing the statistical aspects. If advice has
been provided in confidence, give details of the department and institution concerned.

Title Forename/Initials Surname

Department
Institution
Work Address

Post Code
Telephone
Fax
Mobile
E-mail

Please enclose a copy of any available comments or reports from a stafistician.

AS57. What is the primary outcome measure for the study?

This is an exploratory quantitative study which mainly aims to generate descriptive statistics and has thus no
hypotheses.

AS58. What are the secondary outcome measures?(if any)

N/A
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A59. What is the sample size for the research? How many participants/samples/data records do you pian to study in
total? If there is more than one group, please give further details below.

Total UK sample size: 100
Total international sample size (including UK): 100
Total in European Economic Area: 100

Further details:
According to a 2016-2017 census, about 850 neurology consultants are practising in the UK (Royal College of

Physicians, 2017) and the expected retumn rate for studies of this nature is 10%. We believe that by recruiting
consultants and some neurology registrars, we will have a sample of minimum 100 participants, which would be

sufficient for this survey.

Royal College of Physicians. 2016-17 Census (UK consultants and higher specialty trainees).
www.rcplondon.ac.uk/projects/outputs/2016-17-census-uk-consultant s-and-higher-specialty-trainees (accessed on
12th June 2018).

A60. How was the sample size decided upon? If a formal sample size calculation was used, indicate how this was done,
giving sufficient information to justify and reproduce the calculation.

Although there are no a priori hypotheses, the sample size of 100 would be sufficient to detect medium sized
correlations (around .4) using Pearson’s r correlations.

A61-1. Will participants be allocated to groups at random?

(JYes @ No

A62. Please describe the methods of analysis (statistical or other appropriate methods, e.g. for qualitative research) by
which the data will be evaluated to meet the study objectives.

Quantitative data will be imported and analysed in SPSS. We are primarily interested in gathering a full range of
descriptive statistics which will help us draw a picture of current practice of delivering a MNDD diagnosis (e.g duration
of consuitations) and doctors’ perspectives on this challenging clinical task. However, there is also a possibility of
using very basic exploratory inferential testing. Qualitative data from the open-ended questions of the survey will be
used to enhance, explain and expand the findings from the analysis of the quantitative data.

AG63. Other key investigators/collaborators. Please include all grant co—applicants, protocol co—authors and other key
members of the Chief Investigator’s team, including non-doctoral student researchers.

A64-1. Sponsor

Lead Sponsor

Commercial status:  pNop-

Status: (", NHS or HSC care organisation
Commercial

(@ Academic
(_; Pharmaceutical industry
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Contact

(_ Medical device industry
(_; Local Authority

(_; Other social care provider (including voluntary sector or private
organisation)
(; Other

If Other, please specify:

person

Name of organisation Lancaster University

Given name Becky

Family name Gordon

Address Lancaster University
Townlcity Lancaster

Post code LA14YW

Country United Kingdom

Telephone +44 (0)1524 592981

Fax 0

E-mail sponsorship@Ilancaster.ac.uk

IRAS Version 5.21

Family

Fax
E-mail

Legal representative for clinical investigation of medical device (studies involving Northern Ireland only)
Clinical investigations of Medical Devices that take place in Northern Ireland must have a legal representative of
the sponsor that is based in Northern ireland or the EU

Contact person

Name of organisation
Given name

name

Address
Town/city
Post code
Country
Telephone

A65. Has external funding for the research been secured?

Please tick at least one check box.

__ Fundi

ng secured from one or more funders

__ External funding application to one or more funders in progress

+ No application for external funding will be made
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What type of research project is this?
() Standalone project
() Project that is part of a programme grant
() Project that is part of a Centre grant
() Project that is part of a fellowship/ personal award/ research training award
@) Other

Other — please state:
Project as a part of a PhD thesis

A66. Has responsibility for any specific research activities or procedures been delegated to a subcontractor (other
than a co-sponsor listed in A64-1) ? Please give details of subcontractors if applicable.

_)Yes @ No

AG67. Has this or a similar application been previously rejected by a Research Ethics Committee in the UK or another
country?

)Yes @ No

Please provide a copy of the unfavourable opinion letter(s). You should explain in your answer to question A6-2 how the
reasons for the unfavourable opinion have been addressed in this application.

A68-1. Give details of the lead NHS R&D contact for this research:

Title Forename/Initials Surname

Mrs Gill Hamblin
Organisation The Walton Centre NHS Foundation Trust,
Address The Walton Centre NHS Foundation Trust
Lower Lane
Liverpool
Post Code L9 7Ly
Work Email gillian.hamblin@thewaltoncentre.nhs.uk
Telephone 0151 556 3389
Fax 00000000000
Mobile 07842052673

Details can be obtained from the NHS R&D Forum website: hifp//www.rdforum.nhs.uk

AG68-2. Select Local Clinical Research Network for NHS Organisation identified in A68-1:

North West Coast

For more information, please refer to the question specific guidance.

A69-1. How long do you expect the study to last in the UK?
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Planned start date: 10/09/2019
Planned end date: 01/03/2020
Total duration:

Years: 0 Months: 5 Days: 22

IRAS Version 5.21

A71-1. Is this study?

) Single centre
@) Muiticentre

AT71-2. Where will the research take place? (Tick as appropriate)

+ England
1 Scotiand
| Wales
v/ Northern Ireland

| Other countries in European Economic Area

Total UK sites in study unknown

Does this trial involve countries outside the EU?

(JYes @ No

AT72. Which organisations in the UK will host the research?Please indicafe the type of organisation by ticking the box and

give approximate numbers if known:

w4 NHS organisations in England

__| NHS organisations in Wales

v NHS organisations in Scotland

w4 HSC organisations in Northern Ireland
| GP practices in England

__| GP practices in Wales

Ll GP practices in Scotland

.| GP practices in Northemn Ireland

F] Joint health and social care agencies (eg
community mental health teams)
__ | Local authorities

__|Phase 1 frial units
__| Prison establishments
__| Probation areas

__|Independent (private or voluntary sector)
organisations
|| Educational establishments

.l Independent research units
__| Other (give details)

Total UK sites in study:
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AT73-1. Will potential participants be identified through any organisations other than the research sites listed above?

OYes  @No

AT74. What arrangements are in place for monitoring and auditing the conduct of the research?

EA's academic supervisors (JS, IF & FE) will be monitoring and auditing the conduct of the research via weekly
supervision meetings.

AT76-1. What arrangements will be made for insurance and/or indemnity to meet the potential legal liability of the
sponsor(s) for harm to participants arising from the management of the research? Please tick box(es) as applicable.

Note: Where a NHS organisation has agreed to act as sponsor or co-sponsor, indemnity is provided through NHS schemes.
Indicate if this applies (there is no need to provide documentary evidence). For all other sponsors, please describe the
arrangements and provide evidence.

.| NHS indemnity scheme will apply (NHS sponsors only)

v Other insurance or indemnity arrangements will apply (give details below)

Lancaster University legal liability cover will apply

Please enclose a copy of relevant documents.

AT76-2. What arrangements will be made for insurance and/ or indemnity to meet the potential legal liability of the
sponsor(s) or employer(s) for harm to participants arising from the design of the research? Please fick box(es) as
applicable.

Note. Where researchers with substantive NHS employment contracts have designed the research, indemnity is provided
through NHS schemes. Indicate if this applies (there is no need to provide documentary evidence). For other profocol
authors (e.g. company employees, university members), please describe the arrangements and provide evidence.

| NHS indemnity scheme will apply (protocol authors with NHS contracts only)

v Other insurance or indemnity arrangements will apply (give details below)

Lancaster University legal liability cover will apply

Please enclose a copy of relevant documents.

AT76-3. What arrangements will be made for insurance and/ or indemnity to meet the potential legal liability of
investigators/collaborators arising from harm to participants in the conduct of the research?

Note: Where the participants are NHS patients, indemnity is provided through the NHS schemes or through professional
indemnity. Indicate if this applies to the whole study (there is no need to provide documentary evidence). Where non-NHS
sites are to be inciuded in the research, including private practices, please describe the arrangements which will be made at
these sites and provide evidence.

Ll NHS indemnity scheme or professional indemnity will apply (participants recruited at NHS sites only)

v Research includes non-NHS sites (give details of insurance/ indemnity arrangements for these sites below)

Lancaster University legal liability cover will apply
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Please enclose a copy of relevant documents.

AT78. Could the research lead to the development of a new product/process or the generation of intellectual property?

. Yes () No (@ Notsure

AT9. Please select the level of commercial participation in this project.

®) None

() Industry funding, but not industry sponsored
() Industry funding and industry sponsored

() Industry sponsored, but not industry funded

AB80. Please select the main subject area of research. Additional sub-topics may be selected, if required

__|Age and Ageing

__| Anaesthetics

__| Cancer (includes malignant haematology

__| Cardiovascular

.l Clinical

__ | Critical Care

v Dementias and Neurodegenerative Diseases

__| Dermatology

_ | Diabetes

Ll Ear, Nose and Throat

_ | Gastrointestinal

_ | Genetics

4 Health Services Research

| Hepatology

__|Immunology and Inflammation

El Infectious Disease and Microbiology

F Injuries and Accidents

.l Medicines for Children (does not include Paediatrics)
__|Mental Health

__| Metabolic and Endocrine

| Musculoskeletal (Rheumatoid Arthritis is a separate category)
__| Nervous System Disorders

|l Non-malignant Haematology

__| Ophthalmology

__|Oral and Dental

.l Paediatrics (does not include Medicines for Children)
__|Primary Care

__| Public Health Research

| Renal
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P Reproductive Health and Childbirth
__| Respiratory

| Rheumatoid Arthritis

| Stroke

__|Surgery

.| Urogenital

9. Has the study been the subject of a scientific review/opinion (Expert Panel)?

OYes ()No

If yes, please provide a copy of the review as part of your application.

Please enter details of the host organisations (Local Authority, NHS or other) in the UK that will be responsible for the
research sites. For further information please refer to guidance.

Investigator . .
identifier Research site Investigator Name

IN1
@ NHS/HSC Site

¢ Non-NHS/HSC Site Forename Eleftherios

Middle

n/a
name
:::2? Anestis
Organisation THE WALTON CENTRE NHS g i
name FOUNDATION TRUST Email e.anestis@lancaster.ac.uk
Address LOWER LANE Qualification BSc in Psychology
(MD..) MSc in Health Psychology
LIVERPOOL MERSEYSIDE Country United Kingdom
Post Code L9 7L
Country ENGLAND
IN2 . .
(@ NHS/HSC Site

(* Non-NHS/HSC Site Forename Eleftherios

Middle n/a
name
:::mi;y Anestis
Organisation SALFORD ROYAL NHS FOUNDATION
name TRUST Email e.anestis@lancaster.ac.uk
Address SALFORD ROYAL Qualification BSc in Psychology
STOTT LANE (MD...) MSc in Health Psychology
SALFORD GREATER MANCHESTER Country United Kingdom
Post Code M6 8HD
Country ENGLAND
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IN3

INS

(@ NHS/HSC Site

(; Non-NHS/HSC Site

Organisation SHEFFIELD TEACHING HOSPITALS NHS

name FOUNDATION TRUST

Address NORTHERN GENERAL HOSPITAL
HERRIES ROAD
SHEFFIELD SOUTH YORKSHIRE

Post Code S57AU

Country ENGLAND

(®; NHS/HSC Site

(_; Non-NHS/HSC Site

Organisation  KING'S COLLEGE HOSPITAL NHS
name FOUNDATION TRUST
Address DENMARK HILL
LONDON GREATER LONDON
Post Code SE5 9RS
Country ENGLAND
@ NHS/HSC Site

() Non-NHS/HSC Site

Organisation
name
Address

Post Code
Country

UNIVERSITY COLLEGE LONDON
HOSPITALS NHS FOUNDATION TRUST

250 EUSTON ROAD
LONDON

NW1 2PG
ENGLAND
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Forename Eleftherios

Middle
n/a
name
Kot Anestis
name
Email e.anestis@lancaster.ac.uk

Qualification BSc in Psychology
(MD...) MSc in Health Psychology

Country United Kingdom

Forename Eleftherios
Middle

n/a
name
Family Anestis
name
Email e.anestis@lancaster.ac.uk

Qualification BSc in Psychology
(MD...) MSc in Health Psychology

Country United Kingdom

Forename Eleftherios

Middle n/a

name

oy Anestis

name

Email e.anestis@lancaster.ac.uk

Qualification BSc in Psychology
(MD...) MSc in Health Psychology

Country United Kingdom
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IN6

IN7

(@ NHS/HSC Site
(; Non-NHS/HSC Site

Organisation ROYAL CORNWALL HOSPITALS NHS

name TRUST

Address ROYAL CORNWALL HOSPITAL
TRELISKE
TRURO

Post Code TR1 3LJ

Country ENGLAND

(@) NHS/HSC Site

() Non-NHS/HSC Site

Organisation LEICESTERSHIRE PARTNERSHIP NHS

name TRUST

Address RIVERSIDE HOUSE
BRIDGE PARK PLAZA
BRIDGE PARK ROAD LEICESTER
LEICESTERSHIRE

Post Code LE4 8PQ

Country ENGLAND

(@) NHS/HSC Site

¢ Non-NHS/HSC Site

Organisation
name
Address

Post Code
Country

UNITED LINCOLNSHIRE HOSPITALS
NHS TRUST

LINCOLN COUNTY HOSPITAL
GREETWELL ROAD

LINCOLN

LN2 5QY

ENGLAND

IRAS Version 5.21

Forename Eleftherios

Middle n/a

name

oy Anestis

name

Email e.anestis@lancaster.ac.uk
Qualification BSc in Psychology

(MD...) MSc in Health Psychology
Country United Kingdom

Forename Eleftherios

Middle Na

name

Family Anestis

name

Email e.anestis@lancaster.ac.uk
Qualification BSc in Psychology

(MD...) MSc in Health Psychology
Country United Kingdom

Forename Eleftherios

Middle NA

name

Fomily Anestis

name

Email e.anestis@lancaster.ac.uk
Qualification BSc in Psychology

(MD...) MSc in Health Psychology
Country United Kingdom
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Participant Information Sheet

Neurologists' current practice in communicating a diagnosis of a neurological
condition

For further information about how Lancaster University processes personal data for research
purposes and your data rights please visit our webpage: www.lancaster.ac.uk/research/data-

protection

Thank you for showing interest to complete this survey! My name is Eleftherios Anestis, and | am
conducting this research as a student in the PhD in Health Research programme at Lancaster
University. Please read the information below before you provide consent to participate in this
research by proceeding to complete this survey.

What is the study about?

The purpose of this study is to develop a better understanding of neurologists’ current practice of
delivering a diagnosis for a neurological condition in the UK, but also to explore their experience in
carrying through with this challenging task of their clinical work. In particular, we are focusing on
Parkinson’s disease, multiple sclerosis|and motor neurone disease, four chronic and progressive
neurological conditions with a serious impact on patients’ quality of life.

Why have | been approached?
You have been approached because the study requires information from consultant neurologists or
neurology registrars who are currently practising in the UK.

Do | have to take part?
No. It’s completely up to you to decide whether or not to take part.

What will | be asked to do if | take part?

If you decide you would like to take part, you would be asked to complete a survey which is divided
in four sections: basic demographic information, practice of delivering a diagnosis, personal
experiences of delivering a diagnosis and education and training needs. Most questions are closed
but there are also open-ended questions and you will need approximately 15 minutes to complete
it.

Will my data be Identifiable?
The surveys will be completed anonymously and no sensitive personal information that would lead
to your identification will be asked. Any data provided will be treated as confidential, however, in
case that a participant provides identifying information to an open-ended question, these will be
anonymised if they are going to be used as direct quotations.
The data collected for this study will be stored securely.

= Hard copies of questionnaires will be kept in a locked cabinet.

=  Only the researchers conducting this study will have access to the identifiable data
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= The files on the computer will be encrypted (that is no-one other than the researcher will be
able to access them) and the computer itself password protected.

= At the end of the study, hard copies of questionnaires will be kept securely in a locked
cabinet for ten years. At the end of this period, they will be destroyed. In the meantime,
anonymised data will be shared on request with investigators who contact the research
team.

What will happen to the results?
The results will be summarised and reported in a thesis, will be submitted for publication in an
academic journal and may be presented in an academic conference.

Are there any risks?
There are no risks anticipated with participating in this study. However, if you experience any

distress following participation you are encouraged to inform the researcher and contact the
resources provided at the end of this sheet.

Are there any benefits to taking part?
There are no direct benefits in taking part. However, you may find the survey interesting and an
opportunity to reflect on your practice.

Who has reviewed the project?
This study has been reviewed and approved by the Faculty of Health and Medicine Research Ethics
Committee at Lancaster University.

Where can | obtain further information about the study if | need it?

If you have any questions about the study, please contact the main researcher:
Eleftherios Anestis

PhD in Health Research student

Division of Health Research, Faculty of Health and Medicine

Address: Furness College, Lancaster University, Bailgigg, LA1 4YG. United Kingdom
Email: e.anestis@lancaster.ac.uk

Alternatively, you can contact one of the supervisors of this project:

Dr Jane Simpson

Director of Education, Senior Lecturer Division of Health Research, Faculty of Health and Medicine
Address: Furness College, Lancaster University, Bailtigg, LA1 4YG. United Kingdom

Telephone: +44 (0) 1524 592858

Email: simpson2@Ilancaster.ac.uk

Dr lan Fletcher

Senior Lecturer, Division of Health Research, Faculty of Health and Medicine
Address: Furness College, Lancaster University, Bailsigg, LA1 4YG. United Kingdom
Telephone: +44 (0) 1524 593301

Email: i.j.fletcher@lancaster.ac.uk

Dr Fiona Eccles

Lecturer, Division of Health Research, Faculty of Health and Medicine

Address: Furness College, Lancaster University, Bailgigg, LA1 4YG. United Kingdom
Telephone: +44 (0)1524 592807

Email: f.eccles@lancaster.ac.uk
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Complaints If you wish to speak to someone outside of the Health Research Doctorate Programme,
you may also contact:

Professor Roger Pickup

Associate Dean for Research

Division of Biomedical and Life Sciences, Faculty of Health and Medicine
Tel: +44 (0)1524 593746

Email: r.pickup@lancaster.ac.uk

Thank you for taking the time to read this information sheet.

Resources in the event of distress Should you feel distressed either as a result of taking part, or
in the future, you could either contact your professional organisation (Association of British
Neurologists) or contact one of the helplines provided by the
NHS: https://www.nhs.uk/conditions/stress-anxiety-depression/mental-health-helplines/
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Consent Form

Neurologists' current practice in communicating a diagnosis of a neurological
condition

We are asking if you would like to take part in a research project about neurologists’ practice and
experiences in communicating bad news. Before you consent to participate in the study, we ask that
you read the participant information sheet and mark each box below with a tick if you agree. If you
have any questions or queries before signing the consent form please speak or send an email to the
principal investigator, Eleftherios Anestis (e.anestis@lancaster.ac.uk).

You have read the information sheet and understand what is expected of
you within this study

You confirm that you understand that any responses/information you give
will remain anonymous

Your participation is voluntary

You consent for the information you provide to be discussed with my
supervisor at Lancaster University

You consent to Lancaster University keeping the anonymised data for a
period of 10 years after the study has finished

J Ut O

Name of Researcher Signature Date
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Applicant: Eleftherios Anestis

Supervisor: Jane Simpson and lan Fletcher
Department: Health Research

FHMREC Reference: FHMREC17106

31 August 2018

Dear Eleftherios
Re: Neurologists' current practice in breaking a diagnosis of a neurological condition

Thank you for submitting your research ethics application for the above project for review by
the Faculty of Health and Medicine Research Ethics Committee (FHMREC). The application
was recommended for approval by FHMREC, and on behalf of the Chair of the Committee, |
can confirm that approval has been granted for this research project.

As principal investigator your responsibilities include:

- ensuring that (where applicable) all the necessary legal and regulatory requirements
in order to conduct the research are met, and the necessary licenses and approvals
have been obtained;

- reporting any ethics-related issues that occur during the course of the research or
arising from the research to the Research Ethics Officer at the email address below
(e.g. unforeseen ethical issues, complaints about the conduct of the research, adverse
reactions such as extreme distress);

- submitting details of proposed substantive amendments to the protocol to the
Research Ethics Officer for approval.

Please contact me if you have any queries or require further information.

Tel:- 01542 593987
Email:- fhmresearchsupport@lancaster.ac.uk

Yours sincerely,
J.L 7.,
/f{ [ éilk

Becky Case
Research Ethics Officer, Secretary to FHMREC.
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Health and Care Health Research
Research Wales Authority

Prof Jane Simpson

Furness College, Lancaster University, Bailrigg Cmall: va.approval@nhe.net
HCRW approvals@wales.nhs.uk

Lancaster

United Kingdom

LA14YG

29 October 2019

Dear Prof Simpson

HRA and Health and Care
Research Wales (HCRW)

Approval Letter

Study title: Neurologists' current practice and perspectives on
communicating a diagnosis of a progressive
neurological condition: a survey study

IRAS project ID: 262063

Protocol number: n/a

REC reference: 19/HRA/5761
Sponsor Lancaster University

| am pleased to confirm that HRA and Health and Care Research Wales (HCRW) Approval
has been given for the above referenced study, on the basis described in the application form,
protocol, supporting documentation and any clarifications received. You should not expect to
receive anything further relating to this application.

Please now work with participating NHS organisations to confirm capacity and capability, in
line with the instructions provided in the “Information to support study set up” section towards
the end of this letter.

How should | work with participating NHS/HSC organisations in Northern Ireland and
Scotland?

HRA and HCRW Approval does not apply to NHS/HSC organisations within Northern Ireland
and Scotland.

If you indicated in your IRAS form that you do have participating organisations in either of
these devolved administrations, the final document set and the study wide governance report
(including this letter) have been sent to the coordinating centre of each participating nation.
The relevant national coordinating function/s will contact you as appropriate.



Please see |RAS Help for information on working with NHS/HSC organisations in Northern
Ireland and Scotland.

How should | work with participating non-NHS organisations?
HRA and HCRW Approval does not apply to non-NHS organisations. You should work with
your non-NHS organisations to obtain local agreement in accordance with their procedures.

What are my notification responsibilities during the study?

The “After HRA Approval — guidance for sponsors and investigators” document on the HRA
website gives detailed guidance on reporting expectations for studies with HRA and HCRW
Approval, including:

¢ Registration of Research

¢ Notifying amendments

¢ Notifying the end of the study
The HRA website also provides guidance on these topics and is updated in the light of
changes in reporting expectations or procedures.

Who should | contact for further information?
Please do not hesitate to contact me for assistance with this application. My contact details
are below.

Your IRAS project ID is 262063. Please quote this on all correspondence.

Yours sincerely,
Barbara Cuddon

Approvals Specialist

Email: hra.approval@nhs.net

Copy to: Mrs Becky Gordon
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The integrated dataset required for your project will be created from the answers you give to the following questions. The
system will generate only those questions and sections which (a) apply to your study type and (b) are required by the
bodies reviewing your study. Please ensure you answer all the questions before proceeding with your applications.

Please complete the questions in order. If you change the response to a question, please select ‘Save’ and review all the
questions as your change may have affected subsequent questions.

Please enter a short title for this project (maximum 70 characters)
Healthcare professionals' experiences in breaking bad news for MNDDs 1

1. Is your project research?

@ Yes () No

2. Select one category from the list below:

() Clinical trial of an investigational medicinal product

() Clinical investigation or other study of a medical device

(©) Combined trial of an investigational medicinal product and an investigational medical device

(O Other clinical trial to study a novel intervention or randomised clinical trial to compare interventions in clinical practice
(O Basic science study involving procedures with human participants

() Study administering questionnaires/interviews for quantitative analysis, or using mixed quantitative/qualitative

methodology
(@ Study involving qualitative methods only

() Study limited to working with human tissue samples (or other human biological samples) and data (specific project

only)
() Study limited to working with data (specific project only)

C. Research tissue bank

() Research database
If your work does not fit any of these categories, select the option below:

() Other study

2a. Please answer the following question(s):

a) Does the study involve the use of any ionising radiation? O Yes @ No

b) Will you be taking new human tissue samples (or other human biological samples)? (OYes @ No

c) Will you be using existing human tissue samples (or other human biological samples)? () Yes @ No

3. In which countries of the UK will the research sites be located?(Tick all that apply)

™ England
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™ Scotland
O Wales
[ Northern Ireland

3a. In which country of the UK will the lead NHS R&D office be located:
(@ England
() Scotland
() Wales
() Northern Ireland

() This study does not involve the NHS

4. Which applications do you require?

[+ IRAS Form
[] Confidentiality Advisory Group (CAG)
[[]Her Majesty's Prison and Probation Service (HMPPS)

Most research projects require review by a REC within the UK Health Departments' Research Ethics Service. Is
your study exempt from REC review?

@ Yes (O No

4b. Please confirm the reason(s) why the project does not require review by a REC within the UK Health Departments
Research Ethics Service:

[] Projects limited to the use of samples/data samples provided by a Research Tissue Bank (RTB) with generic
ethical approval from a REC, in accordance with the conditions of approval.

[] Projects limited to the use of data provided by a Research Database with generic ethical approval from a REC, in
accordance with the conditions of approval.

[[] Research limited to use of previously collected, non-identifiable information
[[] Research limited to use of previously collected, non-identifiable tissue samples within terms of donor consent

O Research limited to use of acellular material

[[] Research limited to use of the premises or facilities of care organisations (no involvement of patients/service
users as participants)

[M Research limited to involvement of staff as participants (no involvement of patients/service users as participants)

5. Will any research sites in this study be NHS organisations?

@ Yes (O No

5a. Are all the research costs and infrastructure costs (funding for the support and facilities needed to carry out the
research e.g. NHS support costs) for this study provided by a NIHR Biomedical Research Centre (BRC), NIHR Applied
Research Collaboration (ARC), NIHR Patient Safety Translational Research Centre (PSTRC), or an NIHR Medtech and In
Vitro Diagnostic Co-operative (MIC) in all study sites?

Please see information button for further details.

OYes @No
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Please see information button for further details.

5b. Do you wish to make an application for the study to be considered for NIHR Clinical Research Network (CRN)
Support and inclusion in the NIHR Clinical Research Network Portfolio?

Please see information button for further details.

@ Yes (O No

The NIHR Clinical Research Network (CRN) provides researchers with the practical support they need to make clinical
studies happen in the NHS in England e.g. by providing access to the people and facilities needed to carry out research “on
the ground".

If you select yes to this question, information from your IRAS submission will automatically be shared with the NIHR CRN.
Submission of a Portfolio Application Form (PAF) is no longer required.

6. Do you plan to include any participants who are children?

(OYes @ No

7. Do you plan at any stage of the project to undertake intrusive research involving adults lacking capacity to consent
for themselves?

() Yes @) No

=

Answer Yes if you plan to recruit living participants aged 16 or over who lack capacity, or to retain them in the study following
loss of capacity. Intrusive research means any research with the living requiring consent in law. This includes use of
identifiable tissue samples or personal information, except where application is being made to the Confidentiality Advisory
Group to set aside the common law duty of confidentiality in England and Wales. Please consult the guidance notes for
further information on the legal frameworks for research involving adults lacking capacity in the UK.

8. Do you plan to include any participants who are prisoners or young offenders in the custody of HM Prison Service or
who are offenders supervised by the probation service in England or Wales?

(O Yes @ No

9. Is the study or any part of it being undertaken as an educational project?

@®Yes (O No

Please describe briefly the involvement of the student(s):
This study is a part of Eleftherios' Anestis PhD thesis

9a. Is the project being undertaken in part fulfilment of a PhD or other doctorate?

@ Yes (O No

10. Will this research be financially supported by the United States Department of Health and Human Services or any of
its divisions, agencies or programs?

(O Yes @ No

11. Will identifiable patient data be accessed outside the care team without prior consent at any stage of the project
(including identification of potential participants)?
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(O Yes @ No
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Integrated Research Application System
Application Form for Research involving qualitative methods only

The Chief Investigator should complete this form. Guidance on the questions is available wherever you see this
symbol displayed. We recommend reading the guidance first. The complete guidance and a glossary are available by
selecting Help.

Please define any terms or acronyms that might not be familar to lay reviewers of the application.

Short title and version number: (maximum 70 characters - this will be inserted as header on all forms)
Healthcare professionals' experiences in breaking bad news for MNDDs 1

PART A: Core study information

1. ADMINISTRATIVE DETAILS

A1. Full title of the research:

Healthcare professionals’ perspectives and experiences of breaking bad news and supporting newly diagnosed
patients with motor neurodegenerative conditions

A2-1. Educational projects

Name and contact details of student(s):

Student 1
Title Forename/Initials Surname
Mr  Eleftherios Anestis
Address Kingsley House 17
15 Newton Street
Manchester
Post Code M1 1HE
E-mail e.anestis@lancaster.ac.uk
Telephone 07596237204
Fax 0

Give details of the educational course or degree for which this research is being undertaken:

Name and level of course/ degree:
PhD in Health Research

Name of educational establishment:
Lancaster University

Name and contact details of academic supervisor(s):

Academic supervisor 1

Title Forename/Initials Surname
Prof Jane Simpson

Address Furness College, Lancaster University, Bailrigg

5
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Post Code
E-mail
Telephone
Fax

Address

Post Code
E-mail
Telephone
Fax

Address

Post Code
E-mail
Telephone
Fax

Lancaster

United Kingdom

LA1 4YW
j.simpson2@lancaster.ac.uk
+441524592858
000000000

Academic supervisor 2

Title Forename/Initials Surname
Dr lan Fletcher

Furness College, Lancaster University, Bailrigg
Lancaster

United Kingdom

LA14YG

i.j.fletcher@lancaster.ac.uk

+44 (0) 1524 593301

000000000

Academic supervisor 3

Title Forename/Initials Surname
Dr Fiona Eccles

Furness College, Lancaster University, Bailrigg
Lancaster

United Kingdom

LA14YG

f.eccles@lancaster.ac.uk

+44 (0)1524 592807

000000000

IRAS Version 5.21

Please state which academic supervisor(s) has responsibility for which student(s):
Please click "Save now" before completing this table. This will ensure that all of the student and academic supervisor
details are shown correctly.

Student(s)

Student 1 Mr Eleftherios Anestis

Academic supervisor(s)

[ Prof Jane Simpson

[# Dr lan Fletcher

M Dr Fiona Eccles

application.

A copy of a current CV for the student and the academic supervisor (maximum 2 pages of A4) must be submitted with the

() Student

() Other

A2-2. Who will act as Chief Investigator for this study?

(@) Academic supervisor
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A3-1. Chief Investigator:

Title Forename/Initials Surname

Prof Jane Simpson

Professor in Psychology of neurodegenerative conditions, Director of Education,
Post Division of Health Research, Lancaster University Assistant Dean, Faculty of Health

and Medicine, Lancaster University

Qualifications Phidn Peyetalogy

DClinPsy
ORCID ID 00000001 5071 4077
Employer Lancaster University
Work Address Furness College, Lancaster University, Bailrigg
Lancaster
United Kingdom
Post Code LA1 4YW
Work E-mail j.simpson2@lancaster.ac.uk
* Personal E-mail
Work Telephone +441524592858
* Personal Telephone/Mobile 000000000
Fax 0

* This information is optional. It will not be placed in the public domain or disclosed to any other third party without prior
consent.
A copy of a current CV (maximum 2 pages of A4) for the Chief Investigator must be submitted with the application.

A4. Who is the contact on behalf of the sponsor for all correspondence relating to applications for this project?
This contact will receive copies of all correspondence from REC and HRA/R&D reviewers that is sent to the CI.

Title Forename/Initials Surname
Mrs Becky Gordon

Address Head of Research Quality and Policy
Research and Enterprise Services
Lancaster University

Post Code LA14YW

E-mail sponsorship@lancaster.ac.uk
Telephone +44 (0)1524 592981

Fax 0

A5-1. Research reference numbers. Please give any relevant references for your study:

Apphcants/organlsatlon s own reference number, e.g. R & D (if FHM REC18113
available):

Sponsor's/protocol number: N/A

Protocol Version: 0.1

Protocol Date: 06/09/2019
Funder's reference number (enter the reference number or state not N/A

applicable):

Projef:t N/A

website:

Additional reference number(s):
T
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Ref.Number Description Reference Number

Registration of research studies is encouraged wherever possible. You may be able to register your study through
your NHS organisation or a register run by a medical research charity, or publish your protocol through an open

access publisher. If you have registered your study please give details in the "Additional reference number(s)"
section.

A5-2. Is this application linked to a previous study or another current application?
@Yes (O No

Please give brief details and reference numbers.
This is a qualitative exploration related to a neurologists' survey (application 262063)

A6-1. Summary of the study. Please provide a brief summary of the research (maximum 300 words) using language
easily understood by lay reviewers and members of the public. Where the research is reviewed by a REC within the UK
Health Departments’ Research Ethics Service, this summary will be published on the Health Research Authority (HRA)
website following the ethical review. Please refer to the question specific guidance for this question.

Breaking medical bad news is a challenging aspect of healthcare communication which can cause distress to both
the bearer and the receiver of the news. How healthcare professionals break bad news can have a detrimental effect
on patients' both immediate response to the news, but also on their long-term adjustment to their condition. Most
studies have been conducted within the field of oncology, however breaking bad news is a critical issue for other
specialties, such as neurology and particularly motor neurodegenerative diseases (MNDDs), which are incurable and
progressive in nature and can have a severe impact in patients' quality of life. Studies with people with Parkinson's
disease (PD), multiple sclerosis (MS) and motor neurone disease (MND) have indicated that patients are often
dissatisfied with how they received their diagnosis and referred to inadequate information provision, lack of empathy
and limited consultation duration as the main factors for this negative experience. Studies on professionals'
perspectives are limited and have focused on their practice and attitudes towards diagnosis delivery. These studies
have shown that neurologists meet basic standards of good practice, but find it difficult to spend enough time and
respond to patients’ emotions. However, there are no qualitative studies on neurologists’ lived experiences in
delivering a diagnosis for MNDDs. There are also no studies about the involvement and experiences of other
healthcare professionals, such as nursing staff, in breaking bad news for MNDDs. This study will adopt a qualitative
methodology to explore the experience of breaking bad news for MNDDs (PD, MS, MND and Huntington’s disease) for
neurologists and other healthcare professionals in the UK. Developing an understanding on their experiences in the
process of breaking bad news for MNDDs can be a first step to reveal potential barriers to optimal practice and
assess their needs for training and support.

A6-2. Summary of main issues. Please summarise the main ethical, legal, or management issues arising from your study
and say how you have addressed them.

Not all studies raise significant issues. Some studies may have straightforward ethical or other issues that can be identified
and managed routinely. Others may present significant issues requiring further consideration by a REC, R&D office or other
review body (as appropriate to the issue). Studies that present a minimal risk to participants may raise complex

organisational or legal issues. You should try to consider all the types of issues that the different reviewers may need to
consider.

There are no major ethical considerations which have not been addressed elsewhere in this application form, the
research protocol or the supporting documents to be reported here. This study presents minimal risk for the
participants and requires minimal resources from the participating sites involved. The research protocol and the
interview schedule have been developed by the research team after careful study of the relevant literature and after
receiving consultation by healthcare professionals experienced in breaking bad news for MNDDs.
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A7. Select the appropriate methodology description for this research. Please tick all that apply:

[[] Case series/ case note review

[] Case control

[] Cohort observation

[[] Controlled trial without randomisation
[[] Cross-sectional study

[[] Database analysis

[[] Epidemiology

[[] Feasibility/ pilot study

[] Laboratory study

[[]Metanalysis

[ Qualitative research

[] Questionnaire, interview or observation study
[[] Randomised controlled trial

[[] Other (please specify)

A10. What is the principal research question/objective? Please put this in language comprehensible to a lay person.

This study's broad aim is to explore healthcare professionals' perspectives and experiences in breaking bad news
and supporting newly diagnosed patients with motor neurodegenerative diseases.

A11. What are the secondary research questions/objectives if applicable? Please put this in language comprehensible to
a lay person.

In particular, for the group of neurologists we are looking to focus on their practice and lived experiences on delivering
the diagnosis, addressing their emotions and thoughts, identify potential challenges that they face and
communication training needs. For the group of other healthcare professionals, we aim to explore their experiences
and range of involvement in breaking bad news and supporting newly diagnosed patients with MNDDs.

A12. What is the scientific justification for the research? Please put this in language comprehensible to a lay person.

Research has shown that breaking bad news is a challenging aspect of healthcare professionals' work which can
induce stress and negative emotions. Although they can provide useful information about professionals' perspectives
so that they can be more effectively trained and supported, qualitative studies on the topic are few and almost non-
extistent for the case of neurology. In addition, research on lived experiences has focused on the receivers of bad
news and research in general has ignored other healthcare professionals' perspectives on breaking bad news,
reflecting a definition of bad news breaking as being a single event. Our research is employing a qualitative
methodology and uses both an interpretative phenomenological analysis and a thematic analysis analysis approach
to explore neurologists' lived experiences of delivering a diagnosis.

A13. Please summarise your design and methodology. /t should be clear exactly what will happen to the research
participant, how many times and in what order. Please complete this section in language comprehensible to the lay person.
Do not simply reproduce or refer to the protocol. Further guidance is available in the guidance notes.

Participants recruited via collaborations with participating NHS sites and via online advertisements of the study will be
asked to attend an interview at a time and place of their preference, which could include the interview taking place
through the telephone or Skype. We chose to provide flexibility via including these options because it is sometimes
particularly challenging to recruit healthcare professionals. Also, we do not anticipate that telephone interviews would
pose a significant threat to the study's overall quality. Information about the proposed sample sizes and their
justification can be found in the relevant question later in this form.
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Potential participants in participating sites will be informed about the study either via the attendance of EA to their
professional meetings or by a member of staff (for example a research nurse) who will have received the advertising
material and will have been previously informed about the study by the research team. Participants who indicate
interest to participate will be given out a copy or a link to the participant information sheet which they can read carefully
and decide to contact the research team via phone or email should they wish to participate.

Should they want to review it, the participant information can will also be handed to them before the interview begins.
Participants will be then asked to provide informed consent by completing the consent form. Those attending the
interview via Skype or over the phone will be sent a link to the consent form and the interview will start once they have
given consent online by providing their initials after every consent statement, their name and date.

The interviews will be semi-structured, in-depth and audio recorded. The research team has received consultation by
healthcare professionals and has developed two interview schedules for this study, one for the group of neurologists
and one for the other healthcare professionals group. These will make sure that significant aspects of the study topic
will be covered, however the conversation will be mainly guided by the participants and new questions tailored to their
narratives will be asked. After every interview, reflective notes will be taken which will help with the subsequent
analysis of the data.

Interviews then will be transcribed manually and the transcripts will be printed in order to be coded and analysed. More
details on the analysis methods can be found in later questions in this form.

Although focus groups will not be considered for the sample of neurologists due to potential recruiting challenges, it
might be possible to conduct one or two focus groups with other healthcare professionals (for example PD specialist
nurses), building on the current schedule of their meetings. This will not only help to the co-construction of valuable
data, bringing the different experiences and views of different professionals together and creating an open dialogue,
but it will also serve as an educational experience for EA's doctoral training, who will be trained and supervised in
focus group research by experienced members of the research team. These focus groups will also be audio-recorded
and transcribed for analysis in the same way as the data from the other healthcare professionals group.

A14-1. In which aspects of the research process have you actively involved, or will you involve, patients, service users,
and/or their carers, or members of the public?

[] Design of the research
[]Management of the research
[] Undertaking the research

[] Analysis of results

[[] Dissemination of findings

[w4 None of the above

Give details of involvement, or if none please justify the absence of involvement.

This is a project focusing on healthcare professionals' perspectives and the patients' perspectives have been
addressed through previous research. In addition, the research team has received consultation from healthcare
professionals for the design of this study.

A15. What is the sample group or cohort to be studied in this research?

Select all that apply:

[[]Blood
[] Cancer

[[] Cardiovascular

[[] Congenital Disorders

10
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[[] Dementias and Neurodegenerative Diseases

[[] Diabetes

[]Ear

[]Eye

[V Generic Health Relevance

[] Infection

[] Inflammatory and Immune System
[]Injuries and Accidents

[[] Mental Health

[[] Metabolic and Endocrine

[[] Musculoskeletal

[[]1 Neurological

[] Oral and Gastrointestinal

[] Paediatrics

[]Renal and Urogenital

[[] Reproductive Health and Childbirth

[[]Respiratory

[] Skin

[] Stroke
Gender: Male and female participants
Lower age limit: 21 Years
Upper age limit: 120 Years

A17-1. Please list the principal inclusion criteria (list the most important, max 5000 characters).

Consultant neurologists and neurology registrars with experience in delivering the diagnosis of at least one of the
MNDDs we focus on (PD/MND/MS/HD). Experience is not defined by years of experience because we would like recruit
both inexperienced and experienced professionals, but we expect that participants (especially for the case of
neurology registrars) will have communicated at least 5 diagnoses of MNDDs, upper limit was set to 120 because a
number had to be provided in the form).

Also, other healthcare professionals, such as specialist nurses, who are involved in breaking bad news and/or
supporting newly diagnosed people with MNDDs will be included in this study.

Participants can be working in the NHS or in the private sector, but they must be practising within the UK and speak
English. No age or gender restrictions will be applied, lower age limit has been set as 21, the age when someone can
work as a qualified healthcare professional.

A17-2. Please list the principal exclusion criteria (list the most important, max 5000 characters).

No experience in delivering at least one MNDD diagnosis for the neurologists and neurology registrars group
No involvement in breaking bad news or supporting newly diagnosed people with MNDDs

A18. Give details of all non-clinical intervention(s) or procedure(s) that will be received by participants as part of the
research protocol. These include seeking consent, interviews, non-clinical observations and use of questionnaires.

Please complete the columns for each intervention/procedure as follows:

11
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1. Total number of interventions/procedures to be received by each participant as part of the research protocol.

2. If this intervention/procedure would be routinely given to participants as part of their care outside the research,
how many of the total would be routine?

3. Average time taken per intervention/procedure (minutes, hours or days)
4. Details of who will conduct the intervention/procedure, and where it will take place.

Intervention or procedure 123 4

Reading participant information sheet and approach the 2 0 15'-30" The participants themselves
research team if they want to participate

Provide written consent 1 0 5-15'" The participants themselves

Interview 1 0 30'90" Eleftherios Anestis, at a place or via a
medium selected by the participant

A21. How long do you expect each participant to be in the study in total?

Seeking informed consent will take about 10-15 minutes if the participant has to read the PIS at the time of the
interview.
In-depth interviews usually last at least 30 to 90 minutes.

A22. What are the potential risks and burdens for research participants and how will you minimise them?

For all studies, describe any potential adverse effects, pain, discomfort, distress, intrusion, inconvenience or changes
to lifestyle. Only describe risks or burdens that could occur as a result of participation in the research. Say what steps
would be taken to minimise risks and burdens as far as possible.

Although this study will not include any participants from risk-sensitive populations and not major risks are
anticipated, we have to address some risks and burdens associated with qualitative studies using interviews in
general.

To begin with, participants might feel burdened by the time they invest in taking part in an in-depth interview. However,
we have made sure that the interview schedule is strictly focusing on the subject of the study, we, therefore, did not
include too broad questions that would make the interviews unnecessarily lengthy, apart from a warming up
question. In addition, participants will guide the pace of the interview and we will not push participants to talk more
than they want to. Furthermore, participants will decide on the place (or medium, e.g via telephone) where the
interview will be conducted so that they will not be burdened by travel inconveniences.

Qualitative studies collecting data through interviews can also raise anonymity and confidentiality issues. Participants
will be anonymised with the use of pseudonyms and sensitive personal information, such as the name of the
hospital they practice in, will also be anonymised at the stage of transcription. All information provided by the
participants will be treated as confidential and only the research team will have access to the raw data which will be
securely stored in box, the cloud service recommended by Lancaster University. However, quotes from the interviews
will be used in the presentation of the results of the study in subsequent publications or conference presentations.
However, any information included in the quote that could lead to the identification of the participant will be
anonymised.

Participants might find the topic of this study to be sensitive, especially since they have to recall experiences that
might have been distressing for them. However, the anticipated risks related to the topic of the study are minimum
and the participant information sheet will provide participants with a list of contacts should they need support after the
interview. In addition, participants might find audio recording to be intrusive, but its necessity will be discussed with
the participants should they raise any concerns. EA has a background in psychology, has received training and has
experience in conducting interviews and will try to make participants feel relaxed. He will also be supervised by the
research team which has significant experience in conducting qualitative research.

Finally, participants will give consent to take part in the study after having read the PIS which will inform them about all
the issues raised above. Their participation will be voluntary and they will be able to withdraw at any time during the
interview and within two weeks from the day of the interview.

A23. Will interviews/ questionnaires or group discussions include topics that might be sensitive, embarrassing or
upsetting, or is it possible that criminal or other disclosures requiring action could occur during the study?

12
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@Yes (ONo

If Yes, please give details of procedures in place to deal with these issues:

Participants will be asked to talk about their practice of breaking bad news and will potentially recall distressing
experiences. However, being healthcare professionals, we do not anticipate that this would cause significant
distress to them. In case they feel severely distressed, they will be offered to have a break, end the interview or talk
about this with the researcher who has a background in Psychology. Should they need further support, participants
can get in touch with one of the contacts for support, which will be included in the PIS.

In the case that participants disclose information that may refer to unprofessional practice, EA will discuss this with
his supervisors, who will decide if any form of action needs to be taken.

A24. What is the potential for benefit to research participants?

There will be no direct benefit to research participants, however we believe that taking part will be a good opportunity
for them to reflect on this sensitive part of their practice and express their emotions. In addition, this study aims to
generate results which will indicate implications for clinical practice and suggest ways to better support healthcare
professionals carrying out this task.

A26. What are the potential risks for the researchers themselves? (if any)

There is no direct anticipated risks for the researchers themselves other than those associated with lone researching
work. EA who is conducting the interviews will follow Lancaster University's, Department of Health Research Lone
Researching Policy to minimise the risks by taking specific actions such as having a 'safety partner' who he will share
the details of the interview site and time and he will call once the interview is concluded. It is also possible that a
professional lone working system (e.g. skyguard) may be used, especially in case the researcher is conducting the
interview at a participant’s house.

A27-1. How will potential participants, records or samples be identified? Who will carry this out and what resources
will be used?For example, identification may involve a disease register, computerised search of social care or GP records,
or review of medical records. Indicate whether this will be done by the direct care team or by researchers acting under
arrangements with the responsible care organisation(s).

Participants will be recruited through collaborations with neurology departments and centres for motor
neurodegenerative diseases within the NHS. After ethical approval is granted, the research team will be in touch with
these sites and a person from the staff team will be asked to inform potential participants about the study (for example
by distributing study advertising material via email), who can then send an email or call someone from the research
team to indicate their interest to participate. EA will also visit participating sites to inform potential participants about
the nature and aim of the study and give out copies of the participant information sheet to those that indicate interest to
participate. The study will also be advertised by the Association of British Neurologists website and websites or twitter
pages related to neurology/neurological conditions and potential participants will be able to contact the research team
via email should they wish to take part. We are also expecting to recruit participants via snowball sampling.

A27-2. Will the identification of potential participants involve reviewing or screening the identifiable personal
information of patients, service users or any other person?

() Yes @ No

Please give details below:

A28. Will any participants be recruited by publicity through posters, leaflets, adverts or websites?

@) Yes () No

13
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If Yes, please give details of how and where publicity will be conducted, and enclose copy of all advertising material
(with version numbers and dates).

The study will be advertised through the website of the Association of British Neurologists and neurology-related
pages websites or profiles on twitter (see advertising material document).

A29. How and by whom will potential participants first be approached?

Participants who find out about the survey online will contact the research team should they wish to participate.

Participants through the collaborations with NHS cites will be approached through either visits from the research team
to the sites or the involvement of staff which could for example distribute information about the study via email or talk
about it in staff meetings.

A30-1. Will you obtain informed consent from or on behalf of research participants?

@) Yes () No

If you will be obtaining consent from adult participants, please give details of who will take consent and how it will be
done, with details of any steps to provide information (a written information sheet, videos, or interactive material).
Arrangements for adults unable to consent for themselves should be described separately in Part B Section 6, and for
children in Part B Section 7.

If you plan to seek informed consent from vulnerable groups, say how you will ensure that consent is voluntary and
fully informed.

If you are not obtaining consent, please explain why not.

Please enclose a copy of the information sheet(s) and consent form(s).

A30-2. Will you record informed consent (or advice from consultees) in writing?

@Yes (ONo

A31. How long will you allow potential participants to decide whether or not to take part?

Participants who indicate interest to take part will be handed/sent the participant information sheet and there will be no
time limit for them to decide if they want to participate or not, given that they do so before the data collection phase of
the study has concluded. The participant information sheet will also be provided to participants just before the
interview, in case some participants did not have time to read it beforehand. They will be given 15' to read the
participant information sheet and decide if they want to participate.

A33-1. What arrangements have been made for persons who might not adequately understand verbal explanations or
written information given in English, or who have special communication needs?(e.g. translation, use of interpreters)

No translation or use of interpretation arrangements have been made. Since participants will be practising in the NHS
they are most likely expected to be fluent in English.

A35. What steps would you take if a participant, who has given informed consent, loses capacity to consent during the
study? Tick one option only.

(O The participant and all identifiable data or tissue collected would be withdrawn from the study. Data or tissue which
is not identifiable to the research team may be retained.
(O The participant would be withdrawn from the study. Identifiable data or tissue already collected with consent would

be retained and used in the study. No further data or tissue would be collected or any other research procedures carried
out on or in relation to the participant.

(O The participant would continue to be included in the study.

14
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() Not applicable — informed consent will not be sought from any participants in this research.
@) Not applicable — it is not practicable for the research team to monitor capacity and continued capacity will be

assumed.

Further details:

In this section, personal data means any data relating to a participant who could potentially be identified. It includes

pseudonymised data capable of being linked to a participant through a unique code number.

Storage and use of personal data during the study

A36. Will you be undertaking any of the following activities at any stage (including in the identification of potential
participants)?(Tick as appropriate)
[[]Access to medical records by those outside the direct healthcare team
[[]Access to social care records by those outside the direct social care team
[ Electronic transfer by magnetic or optical media, email or computer networks
[[] Sharing of personal data with other organisations
[[] Export of personal data outside the EEA
[V Use of personal addresses, postcodes, faxes, emails or telephone numbers
[ Publication of direct quotations from respondents
[] Publication of data that might allow identification of individuals
[ Use of audio/visual recording devices

[ Storage of personal data on any of the following:

[[]Manual files (includes paper or film)
[[]NHS computers

[[] Social Care Service computers
[[]Home or other personal computers
[ University computers

[[] Private company computers

[[] Laptop computers

Further details:

After every interview the digital audio recordings of both the interview and the recorded consent will be uploaded onto
Box, a password secured cloud service recommended by Lancaster University, and will then be deleted from the
recording device. These two files will be stored in separate folders. A second audio recorder will be used as a back-up
in case the first stops working.

The research team will sometimes have access to participants' email addresses in case these have contacted the
research team to indicate their interest to take part in the study. In addition, some participants might want to discuss
potential participation and schedule the interview via the phone (or participate in a telephone interview), therefore
sharing their telephone number with the research team. In all cases, only the research team will have access to these
information which will be treated as confidential. Telephone numbers will not be saved as contacts in the researchers'
personal phones, instead they will be listed in a document which will be securely stored in Box.

Potentially identifying data from participants will be anonymised during transcription so they will not lead to participant
identification if they are going to be used as direct quotations in the publication of the research, but the interviewers will
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also not ask participants to share personal information during the interview (such as the name of the clinic in which
they practise).

For this study the research team will borrow an audio recorder from Lancaster University (plus one to be used as a
back-up).

All data related to the study such as the raw audio data, transcripts, participants' telephone numbers, will be stored in
Box.

A37. Please describe the physical security arrangements for storage of personal data during the study?

Participants personal data will only be stored in digital form. Data from the recorder will be deleted as quickly as
possible, once they have been transferred to a password protected PC and in the meantime the recorder will be
stored securely.

A38. How will you ensure the confidentiality of personal data?Please provide a general statement of the policy and
procedures for ensuring confidentiality, e.g. anonymisation or pseudonymisation of data.

Personal data such as participants' email addresses and phone numbers will be stored in Box, which is a password
protected cloud service and only the research team will have access to it. Other personal data, such as participants'
names, the name of the hospital/trust in which they practice or any other obviously identifying information which
participants might mention during the interview will be anonymised through the use of pseudonyms during
transcription. The transcription will be performed by EA, but the anonymised transcripts will be available for all the
research team. Particular attention will be paid in the publication of direct quotes, where we will make sure that no
participant identifying information are used.

A40. Who will have access to participants' personal data during the study? Where access is by individuals outside the
direct care team, please justify and say whether consent will be sought.

Only the research team will have access to participants' personal data during the study.

A41. Where will the data generated by the study be analysed and by whom?

Audio recordings will be transcribed and these transcripts will be printed and analysed by EA in his office at Lancaster
University or his house. These transcripts will not be linked to participants personal data such as email addressed
and telephone numbers and any identifiable information will have been anonymised during transcription. After the
completion of the analysis, the printed transcripts will be scanned in PDF form, uploaded onto Box. The printed
transcripts will then be destroyed using an appropriate machine at Lancaster University.

A42. Who will have control of and act as the custodian for the data generated by the study?

Title Forename/Initials Surname

Prof Jane Simpson

Professor in Psychology of neurodegenerative conditions and Director of Education, Division of
Post Health Research, Lancaster University Assistant Dean, Faculty of Health and Medicine,
Lancaster Universit
PhD in Psychology
DClinPsy

Work Address Division of Health Research, Furness College, Lancaster University, Lancaster

Qualifications

Lancaster

United Kingdom
Post Code LA14YG
Work Email j.simpson2@lancaster.ac.uk
Work Telephone  +441524593301
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Fax 0000000000

A43. How long will personal data be stored or accessed after the study has ended?

@ Less than 3 months
(7 3 — 6 months

() 6 — 12 months

() 12 months — 3 years
() Over 3 years

A44. For how long will you store research data generated by the study?

Years: 10
Months: 0

A45. Please give details of the long term arrangements for storage of research data after the study has ended.Say
where data will be stored, who will have access and the arrangements to ensure security.

Data will be stored in a password protected file on the university’s secure server for ten years and if the work is
published, data will be stored for five additional years from the date of publication. Jane Simpson will be responsible
for the protection of the data after the student has finished with his studies in Lancaster University.

Ad46. Will research participants receive any payments, reimbursement of expenses or any other benefits or incentives
for taking part in this research?

(O Yes @ No

A47. Will individual researchers receive any personal payment over and above normal salary, or any other benefits or
incentives, for taking part in this research?

(O Yes @ No

A48. Does the Chief Investigator or any other investigator/collaborator have any direct personal involvement (e.g.

financial, share holding, personal relationship etc.) in the organisations sponsoring or funding the research that may
give rise to a possible conflict of interest?

(OYes @ No

A49-1. Will you inform the participants’ General Practitioners (and/or any other health or care professional responsible
for their care) that they are taking part in the study?

(O Yes @ No

If Yes, please enclose a copy of the information sheet/letter for the GP/health professional with a version number and date.
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A50-1. Will the research be registered on a public database?

(O Yes @ No

Please give details, or justify if not registering the research.
No suitable register exists.

Registration of research studies is encouraged wherever possible.
You may be able to register your study through your NHS organisation or a register run by a medical research charity,
or publish your protocol through an open access publisher. If you are aware of a suitable register or other method of

publication, please give details. If not, you may indicate that no suitable register exists. Please ensure that you have
entered registry reference number(s) in question A5-1.

A51. How do you intend to report and disseminate the results of the study?Tick as appropriate:

[ Peer reviewed scientific journals
[] Internal report

[ Conference presentation

[ Publication on website

[[] Other publication

[[] Submission to regulatory authorities

[[]Access to raw data and right to publish freely by all investigators in study or by Independent Steering Committee
on behalf of all investigators

[[]1No plans to report or disseminate the results
[ Other (please specify)
Part of EA's PhD Thesis

A52. If you will be using identifiable personal data, how will you ensure that anonymity will be maintained when
publishing the results?

Pseudonyms will be used instead of participants' real names, no details about their location will be published and any
direct quotations which could lead to their identification will be anonymised.

A53. How and when will you inform participants of the study results?

If there will be no arrangements in place to inform participants please justify this.

Participants will be asked to provide their email should they wish to be provided with a summary of the results once
the study has concluded.

A54-1. How has the scientific quality of the research been assessed?Tick as appropriate:

[] Independent external review

[[] Review within a company

[[] Review within a multi-centre research group

[ Review within the Chief Investigator's institution or host organisation

[ Review within the research team
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[V Review by educational supervisor

[] Other

Justify and describe the review process and outcome. If the review has been undertaken but not seen by the
researcher, give details of the body which has undertaken the review:

The study has been designed under the supervision of Eleftherios' Anestis work by the rest of the research team (Prof
Jane Simpson, Dr lan Fletcher and Dr Fiona Eccles) and it has also received ethical approval by Lancaster University,
Faculty of Health and Medicine Ethics Committee (approval letter enclosed).

For all studies except non-doctoral student research, please enclose a copy of any available scientific critique reports,
together with any related correspondence.

For non-doctoral student research, please enclose a copy of the assessment from your educational supervisor/ institution.

A59. What is the sample size for the research? How many participants/samples/data records do you plan to study in
total? If there is more than one group, please give further details below.

Total UK sample size: 30
Total international sample size (including UK): 30
Total in European Economic Area: 30
Further details:

For the group of neurologists' we are aiming to include a minimum of 6 and a maximum of 12 and we expect to
include a bigger number (approximately up to 24) of participants for the group of other healthcare professionals.
Justification of the proposed sample sized is provided below.

A60. How was the sample size decided upon? If a formal sample size calculation was used, indicate how this was done,
giving sufficient information to justify and reproduce the calculation.

IPA is idiographic in nature, which means that it mostly aims to achieve rich phenomenological insight and therefore
bring out the uniqueness of the experiences of the individuals. We believe that the sample size proposed for the
neurologists group will help us reach this aim but it will also allow us to highlight contrasts and differences in the
experiences of neurologists delivering a diagnosis for a MNDD. In addition, the small number of participants can also
be justified by the fact that we expect the group of neurologists to be a fairly homogenous group.

For the group of other healthcare professionals, we propose a slightly bigger sample size since this group is expected
to be more heterogenous and we are interested to explore professionals' range of involvement in breaking bad news.
Participants' roles and experiences are expected to vary and data saturation, in this case, will be an indicator that we

can stop recruiting new participants.

In addition, conducting this amount of in-depth individual interviews and potentially a focus group, is expected to
generate a rich amount of data which translates to hundreds of pages. It would be, therefore, pragmatically
challenging to consider a bigger sample size taking into account the resources available for and time restrictions of

this project.

A62. Please describe the methods of analysis (statistical or other appropriate methods, e.g. for qualitative research) by
which the data will be evaluated to meet the study objectives.

Data collected will be analysed according to published IPA (Smith, 2009) and thematic analysis (Braun & Clarke, 2006)
staged procedures and recommendations. After transcription, EA will read and reread all interviews until
familiarisation with the data is reached and he will then proceed to the appropriate coding phase for each analytical
method. All transcripts will be printed and analyzed on paper. Following the coding phase, the research team as a
whole will move on to a 'clustering themes' phase and a cross-case analysis (comparison of individual interview

transcripts).

A63. Other key investigators/collaborators. Please include all grant co—applicants, protocol co—authors and other key
members of the Chief Investigator’s team, including non-doctoral student researchers.
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Title Forename/Initials Surname
Prof Sofia Triliva

Post Professor of Clinical Psychology

Qualifications Psy. D. Doctor of Psychology

Employer University of Crete

Work Address University of Crete
School of Social Sciences, Department of Psychology
Rethymnon, Crete, Greece

Post Code 74100
Telephone 28310-77542
Fax 0

Mobile 0

Work Email triliva@uoc.gr

A64-1. Sponsor

Lead Sponsor

Status: (™ NHS or HSC care organisation
(@) Academic
() Pharmaceutical industry
() Medical device industry
(O Local Authority

() Other social care provider (including voluntary sector or private
organisation)
() Other

If Other, please specify:

Contact person

Name of organisation Lancaster University

Given name Becky

Family name Gordon

Address Lancaster University

Town/city Lancaster

Post code LA14YW

Country United Kingdom

Telephone +441524592981

Fax 0

E-mail sponsorship@lancaster.ac.uk

Commercial status:

Non-
Commercial
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Legal representative for clinical investigation of medical device (studies involving Northern Ireland only)
Clinical Investigations of Medical Devices that take place in Northern Ireland must have a legal representative of
the sponsor that is based in Northern Ireland or the EU

Contact person

Name of organisation
Given name

Family name
Address

Townl/city

Post code

Country

Telephone

Fax

E-mail

AB65. Has external funding for the research been secured?

Please tick at least one check box.
[[] Funding secured from one or more funders
[] External funding application to one or more funders in progress

[# No application for external funding will be made

What type of research project is this?
(") Standalone project
() Project that is part of a programme grant
() Project that is part of a Centre grant
() Project that is part of a fellowship/ personal award/ research training award

@ Other

Other — please state:
Project as a part of a PhD thesis

A66. Has responsibility for any specific research activities or procedures been delegated to a subcontractor (other
than a co-sponsor listed in A64-1) ? Please give details of subcontractors if applicable.

O Yes @® No

A67. Has this or a similar application been previously rejected by a Research Ethics Committee in the UK or another
country?

() Yes @ No

Please provide a copy of the unfavourable opinion letter(s). You should explain in your answer to question A6-2 how the
reasons for the unfavourable opinion have been addressed in this application.
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A68-1. Give details of the lead NHS R&D contact for this research:

Title Forename/Initials Surname

Mrs Gill Hamblin
Organisation The Walton Centre NHS Foundation Trust,
Address The Walton Centre NHS Foundation Trust
Lower Lane
Liverpool
Post Code L9 7LJ
Work Email gillian.hamblin@thewaltoncentre.nhs.uk
Telephone 0151 556 3389
Fax 00000000000
Mobile 07842052673

Details can be obtained from the NHS R&D Forum website: http.//www.rdforum.nhs.uk

A68-2. Select Local Clinical Research Network for NHS Organisation identified in A68-1:

North West Coast

For more information, please refer to the question specific guidance.

A69-1. How long do you expect the study to last in the UK?

Planned start date: 15/08/2019
Planned end date: 15/07/2020
Total duration:

Years: 0 Months: 10 Days: 1

AT71-1. Is this study?

() Single centre
(@ Multicentre

A71-2. Where will the research take place? (Tick as appropriate)

[» England

[ Scotland

[] wales

[W Northern Ireland

[[] Other countries in European Economic Area

Total UK sites in study n/a

Does this trial involve countries outside the EU?

O Yes @® No
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A72. Which organisations in the UK will host the research?Please indicate the type of organisation by ticking the box and
give approximate numbers if known:

[v NHS organisations in England

[[] NHS organisations in Wales

[ NHS organisations in Scotland

[v HSC organisations in Northern Ireland
[[] GP practices in England

[[] GP practices in Wales

[[] GP practices in Scotland

[[] GP practices in Northern Ireland

[] Joint health and social care agencies (eg
community mental health teams)
[] Local authorities

[[]Phase 1 trial units
O Prison establishments
[[] Probation areas

[ Independent (private or voluntary sector)
organisations

[[] Educational establishments
[] Independent research units
[ Other (give details)

Total number currently unknown, other organisations e.g the association of British neurologists

Total UK sites in study: 0

A73-1. Will potential participants be identified through any organisations other than the research sites listed above?

@ Yes (O No

A73-2. If yes, will any of these organisations be NHS organisations?

(OYes @ No

If yes, details should be given in Part C.

A74. What arrangements are in place for monitoring and auditing the conduct of the research?

EA's academic supervisors (JS, IF & FE) and Prof Sofia Triliva will be monitoring and auditing the conduct of the
research via weekly supervision meetings.

A76. Insurance/ indemnity to meet potential legal liabilities

Note: in this question to NHS indemnity schemes include equivalent schemes provided by Health and Social Care
(HSC) in Northern Ireland

A76-1. What arrangements will be made for insurance and/or indemnity to meet the potential legal liability of the
sponsor(s) for harm to participants arising from the management of the research? Please tick box(es) as applicable.
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Note: Where a NHS organisation has agreed to act as sponsor or co-sponsor, indemnity is provided through NHS schemes.
Indicate if this applies (there is no need to provide documentary evidence). For all other sponsors, please describe the
arrangements and provide evidence.

[[]NHS indemnity scheme will apply (NHS sponsors only)

[ Other insurance or indemnity arrangements will apply (give details below)

Lancaster University legal liability cover will apply

Please enclose a copy of relevant documents.

A76-2. What arrangements will be made for insurance and/ or indemnity to meet the potential legal liability of the
sponsor(s) or employer(s) for harm to participants arising from the design of the research? Please tick box(es) as
applicable.

Note: Where researchers with substantive NHS employment contracts have designed the research, indemnity is provided

through NHS schemes. Indicate if this applies (there is no need to provide documentary evidence). For other protocol

authors (e.g. company employees, university members), please describe the arrangements and provide evidence.
[[1NHS indemnity scheme will apply (protocol authors with NHS contracts only)

[ Other insurance or indemnity arrangements will apply (give details below)

Lancaster University legal liability cover will apply

Please enclose a copy of relevant documents.

A76-3. What arrangements will be made for insurance and/ or indemnity to meet the potential legal liability of
investigators/collaborators arising from harm to participants in the conduct of the research?

Note: Where the participants are NHS patients, indemnity is provided through the NHS schemes or through professional
indemnity. Indicate if this applies to the whole study (there is no need to provide documentary evidence). Where non-NHS
sites are to be included in the research, including private practices, please describe the arrangements which will be made at
these sites and provide evidence.

[[1NHS indemnity scheme or professional indemnity will apply (participants recruited at NHS sites only)

[V Research includes non-NHS sites (give details of insurance/ indemnity arrangements for these sites below)

Lancaster University legal liability cover will apply

Please enclose a copy of relevant documents.

A78. Could the research lead to the development of a new product/process or the generation of intellectual property?

(O Yes @ No () Not sure

AT9. Please select the level of commercial participation in this project.

@ None

(O Industry funding, but not industry sponsored
(O Industry funding and industry sponsored

(O Industry sponsored, but not industry funded

AB80. Please select the main subject area of research. Additional sub-topics may be selected, if required

[[]Age and Ageing
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[[] Anaesthetics

[] Cancer (includes malignant haematology

[] Cardiovascular

[] Clinical

[[] Critical Care

[ Dementias and Neurodegenerative Diseases
[] Dermatology

[] Diabetes

O Ear, Nose and Throat

[[] Gastrointestinal

[[] Genetics

[V Health Services Research

[[]Hepatology

[] Immunology and Inflammation

[[] Infectious Disease and Microbiology

[] Injuries and Accidents

[[] Medicines for Children (does not include Paediatrics)
[[] Mental Health

[[] Metabolic and Endocrine

[[]Musculoskeletal (Rheumatoid Arthritis is a separate category)
[[]Nervous System Disorders
[]Non-malignant Haematology

[] Ophthalmology

[[] Oral and Dental

[[] Paediatrics (does not include Medicines for Children)
[[] Primary Care

[[] Public Health Research

[]Renal

[[]Reproductive Health and Childbirth

[] Respiratory

[[] Rheumatoid Arthritis

[[] Stroke

[[] Surgery

[] Urogenital

9. Has the study been the subject of a scientific review/opinion (Expert Panel)?
(OYes (ONo

If yes, please provide a copy of the review as part of your application.

PART C: Overview of research sites
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Please enter details of the host organisations (Local Authority, NHS or other) in the UK that will be responsible for the
research sites. For further information please refer to guidance.

Investigator
identifier

IN1

IN2

IN3

Research site

@) NHS/HSC Site

() Non-NHS/HSC Site

Organisation
name

Address

Post Code
Country

THE WALTON CENTRE NHS
FOUNDATION TRUST

LOWER LANE

LIVERPOOL MERSEYSIDE
L9 7LJ
ENGLAND

@ NHS/HSC Site
() Non-NHS/HSC Site

Organisation
name

Address

Post Code
Country

@) NHS/HSC Site

SALFORD ROYAL NHS FOUNDATION
TRUST

SALFORD ROYAL

STOTT LANE

SALFORD GREATER MANCHESTER
M6 8HD

ENGLAND

() Non-NHS/HSC Site

Organisation
name

Address

Post Code
Country

SHEFFIELD TEACHING HOSPITALS NHS
FOUNDATION TRUST

NORTHERN GENERAL HOSPITAL
HERRIES ROAD

SHEFFIELD SOUTH YORKSHIRE
S5 7AU

ENGLAND

26

Investigator Name

Forename Eleftherios
Middle
n/a
name
Family Anestis
name
Email e.anestis@lancaster.ac.uk

Qualification BSc in Psychology

(MD...) MSc in Health Psychology
Country United Kingdom
Forename Eleftherios
Middle
n/a
name
Family Anestis
name
Email e.anestis@lancaster.ac.uk

Qualification BSc in Psychology

(MD...) MSc in Health Psychology
Country United Kingdom
Forename Eleftherios
Middle
n/a
name
Eanily Anestis
name
Email e.anestis@lancaster.ac.uk

Qualification BSc in Psychology
(MD...) MSc in Health Psychology

Country United Kingdom
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IN4

INS

ING

@) NHS/HSC Site

() Non-NHS/HSC Site

Organisation
name

Address

Post Code
Country

@) NHS/HSC Site

KING'S COLLEGE HOSPITAL NHS
FOUNDATION TRUST

DENMARK HILL

LONDON GREATER LONDON
SE5 9RS
ENGLAND

() Non-NHS/HSC Site

Organisation
name

UNIVERSITY COLLEGE LONDON
HOSPITALS NHS FOUNDATION TRUST

Address 250 EUSTON ROAD
LONDON
Post Code NW1 2PG
Country United Kingdom
@) NHS/HSC Site

) Non-NHS/HSC Site

Organisation
name

Address

Post Code
Country

ROYAL CORNWALL HOSPITALS NHS
TRUST

ROYAL CORNWALL HOSPITAL
TRELISKE

TRURO

TR1 3LJ

ENGLAND
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Forename Eleftherios
Middle

n/a
name
Eamily Anestis
name
Email e.anestis@lancaster.ac.uk
Qualification BSc in Psychology
(MD...) MSc in Health Psychology
Country United Kingdom

Forename Eleftherios

Middle NA

name

Family Anestis

name

Email e.anestis@lancaster.ac.uk
Qualification BSc in Psychology

(MD...) MSc in Health Psychology
Country United Kingdom

Forename Eleftherios

Middle
n/a
name
Feamily Anestis
name
Email e.anestis@lancaster.ac.uk
Qualification BSc in Psychology
(MD...) MSc in Health Psychology
Country United Kingdom
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IN7

IN8

@ NHS/HSC Site

() Non-NHS/HSC Site

Organisation

LEICESTERSHIRE PARTNERSHIP NHS

name TRUST

Address RIVERSIDE HOUSE
BRIDGE PARK PLAZA
BRIDGE PARK ROAD LEICESTER
LEICESTERSHIRE

Post Code LE4 8PQ

Country ENGLAND

@ NHS/HSC Site

() Non-NHS/HSC Site

Organisation
name

Address

Post Code
Country

UNITED LINCOLNSHIRE HOSPITALS
NHS TRUST

LINCOLN COUNTY HOSPITAL
GREETWELL ROAD
LINCOLN

LN2 5QY

ENGLAND

IRAS Version 5.21

Forename Eleftherios
Middle
n/a
name
Eamily Anestis
name
Email e.anestis@lancaster.ac.uk

Qualification BSc in Psychology

(MD...) MSc in Health Psychology
Country United Kingdom
Forename Eleftherios

Middle NA

name

il Anestis

name

Email e.anestis@lancaster.ac.uk

Qualification BSc in Psychology
(MD...) MSc in Health Psychology

Country United Kingdom
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Participant Information Sheet

Healthcare professionals’ perspectives and experiences of breaking
bad news and supporting patients newly diagnosed with motor
neurodegenerative conditions

My name is Eleftherios Anestis and | am conducting this research as a part of my PhD in
Health Research thesis at Lancaster University.

What is the study about?

The purpose of this study is to explore healthcare professionals’ experiences, roles and range
of involvement in relation to breaking bad news and supporting newly diagnosed patients
with motor neurodegenerative diseases (MNDDs), such as Parkinson’s disease, multiple
sclerosis, Huntington’s disease and motor neurone disease.

Why have | been approached?
You have been approached because the study requires information from healthcare
professionals who work with patients with MNDDs and practice in the UK.

Do | have to take part?
No. It's completely up to you to decide whether or not you take part.

What will | be asked to do if | take part?

If you decide you would like to take part, you would be asked to attend an interview at a time
and place (or medium, for example, telephone or Skype) of your convenience. The interview
will be audio recorded and you will be asked questions about your practice, your experiences
and your thoughts on breaking bad news and supporting newly diagnosed patients with
MNDDs.

Will my data be identifiable?
The information you provide is confidential. The data collected for this study will be stored
securely and only the researchers conducting this study will have access to this data.
= Printed transcripts of the interviews will be analysed and will then be destroyed after
they have been converted in digital form and securely stored online.
= Audio recordings will be deleted once the project has been submitted for publication
and examined.
= The typed version of your interview will be made anonymous by removing any
identifying information including your name. Anonymised direct quotations from your
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interview may be used in the reports or publications from the study, so your name or
any other identifying information will not be attached to them.

= All your personal data will be confidential and will be kept separately from your
interview responses.

= Data will be stored in a password protected file on the university’s secure server for
ten years and if the work is published, data will be stored for five additional years from
the date of publication.

= There are some limits to confidentiality: if what is said in the interview makes me think
that you, or someone else, is at significant risk of harm, | will have to break
confidentiality and speak to a member of staff about this. If possible, | will tell you if |
have to do this.

= Lancaster University will be the data controller for any personal information collected
as part of this study. Under the GDPR you have certain rights when personal data is
collected about you. You have the right to access any personal data held about you,
to object to the processing of your personal information, to rectify personal data if it
is inaccurate, the right to have data about you erased and, depending on the
circumstances, the right to data portability. Please be aware that many of these rights
are not absolute and only apply in certain circumstances. If you would like to know
more about your rights in relation to your personal data, please speak to the
researcher on your particular study.

= For further information about how Lancaster University processes personal data for
research purposes and vyour data rights please visit our webpage:
www.lancaster.ac.uk/research/data-protection

What will happen to the results?

The results will be summarised and reported in my PhD thesis and may be submitted for
publications in an academic or professional journal and for presentations in academic
conferences. A summary of the results can also be sent to you should you request it.

Are there any risks?

There are no risks anticipated with participating in this study. However, if you experience any
distress following participation you are encouraged to inform the researcher and contact the
resources provided at the end of this sheet. In addition, you can withdraw your data within
two weeks from participation.

Are there any benefits to taking part?
Although you may find participating interesting, there are no direct benefits in taking part.

Who has reviewed the project?

This study has been reviewed and approved by the Faculty of Health and Medicine Research
Ethics Committee at Lancaster University. The study has also received approval from the
Health Research Authority.

Where can | obtain further information about the study if | need it?
If you have any questions about the study, please contact the main researcher:

Eleftherios Anestis
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PhD in Health Research student

Division of Health Research, Faculty of Health and Medicine

Address: Furness College, Lancaster University, Bailrigg, LA1 4YG. United Kingdom
Email: e.anestis@Iancaster.ac.uk

Alternatively, you can contact one of the supervisors of this project:

Prof Jane Simpson

Director of Education, Professor of the Psychology of Neurodegenerative Conditions
Division of Health Research, Faculty of Health and Medicine

Address: Furness College, Lancaster University, Bailrigg, LA1 4YG. United Kingdom
Telephone: +44 (0) 1524 592858

Email: simpson2@lancaster.ac.uk

Dr lan Fletcher

Senior Lecturer

Division of Health Research, Faculty of Health and Medicine

Address: Furness College, Lancaster University, Bailrigg, LA1 4YG. United Kingdom
Telephone: +44 (0) 1524 593301

Email: i.j.fletcher@lancaster.ac.uk

Dr Fiona Eccles

Lecturer

Division of Health Research, Faculty of Health and Medicine

Address: Furness College, Lancaster University, Bailrigg, LA1 4YG. United Kingdom
Telephone: +44 (0)1524 592807

Email: f.eccles@lancaster.ac.uk

Complaints
If you wish to speak to someone outside of the [name of] Doctorate Programme, you may
also contact:

Professor Roger Pickup Tel: +44 (0)1524 593746

Associate Dean for Research Email: r.pickup@lancaster.ac.uk
Faculty of Health and Medicine

(Division of Biomedical and Life Sciences)

Lancaster University

Lancaster

LAl 4YG

Thank you for taking the time to read this information sheet.

Resources in the event of distress
Should you feel distressed either as a result of taking part, or in the future, you could either
contact your professional organisation, talk to your occupational health department or
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breaking bad news and supporting patients newly diagnosed with motor neurodegenerative conditions

contact one of the helplines provided by the NHS: https://www.nhs.uk/conditions/stress-
anxiety-depression/mental-health-helplines/
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Consent Form

Healthcare professionals’ perspectives and experiences of breaking bad news and supporting patients newly
diagnosed with motor neurodegenerative conditions

We are asking if you would like to take part in a research project about healthcare professionals experiences in
breaking bad news and supporting newly diagnosed patients with motor neurodegenerative conditions. Before
you consent to participate in the study, we ask that you read the participant information sheet and mark each
box below with your initials if you agree. If you have any questions or queries before signing the consent form
please speak or send an email to the principal investigator, Eleftherios Anestis (e.anestis@lancaster.ac.uk).

Strikethrough

1. I confirm that | have reau uic nnurnmauuii sheet and fully understand
what is expected of me within this study

2. | confirm that | have had the opportunity to ask any questions and to
have them answered.

3. lunderstand that my interview will be audio recorded and then made
into an anonymised written transcript.

4. lunderstand that audio recordings will be kept until the research
project has been examined.

5. lunderstand that my participation is voluntary and that | am free to
withdraw at any time during the interview or within two weeks from
the interview without giving any reason.

6. lunderstand that the information from my interview will be pooled
with other participants’ responses, anonymised and may be published.

7. lconsent to information and quotations from my interview being used

8. lunderstand that the researcher will discuss data with their supervisor
as needed.

9. lunderstand that any information | give will remain confidential and
anonymous unless it is thought that there is a risk of harm to myself or
others, in which case the principal investigator may need to share this
information with their research supervisor.

10. | consent to Lancaster University keeping written transcriptions of the
interview for 10 years after the study has finished and an additional of
5 years if the study is published.

11. | consent to take part in the above study.

JU U Uudobuun

Name of Participant Signature Date

Name of Researcher Signature Date
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Applicant: Eleftherios Anestis

Supervisors: Jane Simpson, lan Fletcher, Fiona Eccles
Department: Health Research

FHMREC Reference: FHMREC18

13 August 2019

Dear Eleftherios

Re: Healthcare professionals’ perspectives and experiences of breaking bad news and
supporting newly diagnosed patients with motor neurodegenerative conditions

Thank you for submitting your research ethics application for the above project for review by
the Faculty of Health and Medicine Research Ethics Committee (FHMREC). The application
was recommended for approval by FHMREC, and on behalf of the Chair of the Committee, |
can confirm that approval has been granted for this research project.

As principal investigator your responsibilities include:

- ensuring that (where applicable) all the necessary legal and regulatory requirements
in order to conduct the research are met, and the necessary licenses and approvals
have been obtained;

- reporting any ethics-related issues that occur during the course of the research or
arising from the research to the Research Ethics Officer at the email address below
(e.g. unforeseen ethical issues, complaints about the conduct of the research, adverse
reactions such as extreme distress);

- submitting details of proposed substantive amendments to the protocol to the
Research Ethics Officer for approval.

Please contact me if you have any queries or require further information.

Tel:- 01542 593987
Email:- fhmresearchsupport@Ilancaster.ac.uk

Yours sincerely,
/e

Becky Case
Research Ethics Officer, Secretary to FHMREC.
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Research Wales Authority

Prof Jane Simpson

Furness College, Lancaster University, Bailrigg Email: hra.approval@nhs.net
HCRW .approvals@wales.nhs.uk
Lancaster

United Kingdom
LA1 4YW

26 November 2019

Dear Prof Simpson

HRA and Health and Care
Research Wales (HCRW)

Approval Letter

Study title: Healthcare professionals’ perspectives and experiences
of breaking bad news and supporting newly diagnosed
patients with motor neurodegenerative conditions

IRAS project ID: 266719
Protocol number: N/A
Sponsor Lancaster University

| am pleased to confirm that HRA and Health and Care Research Wales (HCRW) Approval

has been given for the above referenced study, on the basis described in the application form,
protocol, supporting documentation and any clarifications received. You should not expect to
receive anything further relating to this application.

Please now work with participating NHS organisations to confirm capacity and capability, in
line with the instructions provided in the “Information to support study set up” section towards
the end of this letter.

How should | work with participating NHS/HSC organisations in Northern Ireland and
Scotland?

HRA and HCRW Approval does not apply to NHS/HSC organisations within Northern Ireland
and Scotland.

If you indicated in your IRAS form that you do have participating organisations in either of
these devolved administrations, the final document set and the study wide governance report
(including this letter) have been sent to the coordinating centre of each participating nation.
The relevant national coordinating function/s will contact you as appropriate.
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Please see IRAS Help for information on working with NHS/HSC organisations in Northern
Ireland and Scotland.

How should | work with participating non-NHS organisations?
HRA and HCRW Approval does not apply to non-NHS organisations. You should work with
your non-NHS organisations to obtain local agreement in accordance with their procedures.

What are my notification responsibilities during the study?

The “After HRA Approval — guidance for sponsors and investigators” document on the HRA
website gives detailed guidance on reporting expectations for studies with HRA and HCRW
Approval, including:

e Registration of Research

* Notifying amendments

* Notifying the end of the study
The HRA website also provides guidance on these topics and is updated in the light of
changes in reporting expectations or procedures.

Who should | contact for further information?
Please do not hesitate to contact me for assistance with this application. My contact details
are below.

Your IRAS project ID is 266719. Please quote this on all correspondence.

Yours sincerely,

Kevin Ahmed
Approvals Manager

Telephone: 0207 104 8171
Email: hra.approval@nhs.net

Copy to: Mrs Becky Gordon
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Objective: Delivering a life changlng diagnosis can be a distressing experience for patients and a
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C ing task for profi Di is delivery can be especially difficult for individuals with
neurodegenerative dlseases such as motor neurone disease (MND), multiple sclerosis (MS) and
Parkinson’s disease (PD). This review aims to scope the literature on doctors’ and patients' perspectives

Keywords:

Breaking bad news
Diagnosis communication
Neurodegenerative conditions

on diagnosis delivery for these conditions in order to enhance our understanding in this area and identify
potential research gaps.

Methods: A scoping review methodology was used, and data were summarised using content analysis.
Results: 47 studies fulfilled the inclusion criteria. Studies showed that although patients were generally

Motor neurone disease satisfied with diagnosis delivery, a considerable proportion was still dissatisfied with aspects of the
Multiple sclerosis consultation, especially the information and time provided and the doctor’s approach. Only six studies
Parkinson's disease addressed doctors' perspectives, which focused more on doctors’ practice.

Scoping review

Conclusion: There was a significant research gap in professionals' perspectives. The review also found that
although basic standards of good practice were being met, a significant proportion of patients were
dissatisfied with diagnosis communication.
Practice implications: Professionals delivering such diagnoses need to assess and respond to patients’
information needs, provide time for questions and maintain an empathic attitude.

© 2020 Elsevier B.V. All rights reserved.
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1. Introduction

Diagnosis delivery for a significant health condition is a
particularly challenging aspect of doctor-patient communication
and most commonly described as ‘breaking bad news’ [1]. Bad
news is usually described as ‘any information likely to drastically
alter a patient’s view of his or her future’ [p. 1597] [2]. How such
news is delivered can have a long-term impact on the patient’s
satisfaction with care [3], understanding of the disease [4],
involvement in decision-making, psychological adjustment [5],
prolonged distress, confusion and treatment adherence [6]. At the
same time, delivering a serious diagnosis can also be an
emotionally challenging task for healthcare professionals. This
aspect of their clinical work can induce moderate but lasting stress
reactions [7] and emotions of anger and guilt, and distressing
thoughts around their powerlessness to make a positive difference
and their own personal fear of death [8].

Studies in this area have been conducted predominantly within
fields such as oncology, obstetrics and emergency medicine [6],
however bad news delivery can be a critical issue in other medical
specialties such as neurology. Progressive neurological conditions
such as Parkinson's disease (PD), multiple sclerosis (MS) and motor
neurone disease (MND are incurable and result in a gradual decline
in physical and cognitive functioning, restricting individuals’ daily
activities and affecting their quality of life and psychological
functioning [9]. Before receiving their diagnosis, patients often
experience a stressful pre-diagnostic period [10], are often
misdiagnosed and may experience significant diagnostic delay
[11-13]. Reaching a diagnosis for such motor neurodegenerative
diseases (MNDDs) can be a demanding task for health
professionals due to the similarities in and overlap between
symptoms of different conditions [14,15] and the need for
specialised testing. Communicating the diagnosis can also be
challenging for doctors since such ‘bad news’ might elicit reactions
of different types of distress from the patients [16].

Given the progressive, often life-threatening nature of these
conditions and the likely stressful pre-diagnostic experience,
receiving the diagnosis will be a critical time for patients. A PD
patient survey reported that ‘satisfaction with the explanation of
the condition at diagnosis’ had a significant effect on future
quality of life [17]. This review will focus on three neurological
conditions which all include forms of neurodegeneration®”.
Neurologists commonly deliver these diagnoses which primarily
affect movement and have a high ‘burden of illness’ i.e. impact on
both human and economic dimensions [18]. A scoping review
was undertaken to identify and summarise existing empirical
studies which addressed doctors’ current practice and perspec-
tives on breaking bad news, and patients’ experiences and
perspectives on the process of diagnosis delivery. Other reviews
in this area have not focused solely on receiving the diagnosis but
more on the experience of services [19-21] or doctor-patient
interactions in general [22] and have excluded studies on
professionals’ perspectives. Including both patient and doctor
perspectives will achieve a better understanding on the

neurologist-patient interaction at this critical timepoint and will
help identify areas of miscommunication, and gaps in the
literature.

2. Method

A scoping review was adopted to incorporate patients’ and
doctors’ perspectives that have been reported in qualitative
and quantitative studies. Scoping reviews focus on mapping and
summarising key concepts from a range of research activities and
identifying potential gaps in a broad research topic [23]. They offer
similar rigor to reviews using a systematic review methodology,
and aim to understand complex topics and not simply summarise
the best available evidence. Heterogeneous designs can be
included and quality assessments are not usually conducted
[24]. This review followed the 6-step framework developed by
Arksey and O'Malley [23] and further recommendations by Levac
and colleagues [24]. Five of six steps were completed, while the
sixth optional step, consultation, was omitted. These steps are
briefly outlined below:

i) Identifying the research question

The research question was: What are patients’ and doctors’
perspectives on the delivery of the diagnosis for MND, MS and
PD? The term ‘perspectives’ was intentionally broad in order to
capture both a priori themes such as patient satisfaction and
doctors’ practice and to identify and map other key concepts
addressed by the literature.

ii) Identifying relevant studies

PubMed, CINAHL, PsycINFO and Scopus were accessed, using
subject terms where available. The search strategies were
developed with the help of a subject specialist librarian (see
Appendix A). The citation lists of all the included papers were
hand searched for additional studies, Google Scholar’s ‘cited by"
service was also accessed.

iii) Study selection

Table 1 summarises inclusion and exclusion criteria.
Empirical studies of any design were included in the review if
they were published in a peer-reviewed journal and addressed
patients’ or doctors’ perspectives on the delivery of diagnosis
for MNDDs focusing on the consultation when the diagnosis
was delivered. As a first step, titles were screened and all
irrelevant papers were excluded. Then abstracts were screened,
irrelevant studies were excluded, relevant studies were
included and potentially relevant studies were read in full.
The main reasons for excluding articles included: no data on
diagnosis delivery, a focus on the pre-diagnosis journey, and
only addressing patients' emotional reactions to diagnosis. The
first author screened all retrieved citations and consulted the
rest of the research team to resolve any ambiguity. Additionally,
a random 10 % of all retrieved citations were reviewed by
another author (MF) and any discrepancies were resolved. Fig. 1
features a PRISMA diagram which illustrates the study selection
process.

Please cite this article in press as: E. Anestis, et al., Giving and receiving a diagnosis of a progressive neurological condition: A scoping review of
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Table 1
Inclusion and Exclusion Criteria.

Inclusion criteria

Exclusion criteria

Empirical studies

Written in English

Published in peer-reviewed journals
Adult patients’ and doctors’ perspectives

Studies focusing on people with MND, PD or MS

Studies reporting data on doctors’ and patients’ perspectives on the diagnostic
delivery consultation (e.g patients’ information needs and satisfaction with the
consultation, doctors' practice and attitudes towards breaking the bad news and
doctor-patient communication at the point of diagnosis in general)

Reviews, guideline or opinion papers

Written in any other language

Published in non-peer-reviewed journals

Child or adolescent patients, patients’ families, carers or healthcare professionals’
other than doctors’ perspectives

Studies focusing on other conditions or studies which include MND, PD or MS but do
not report separate data for these conditions

Studies who focus on other aspects of diagnosis delivery such as the timing of the
diagnosis, the pre-diagnostic period, or the long-term impact of diagnosis delivery.
Also, studies which only report data on patients’ emotional reactions or coping with
the diagnosis.

Records identified through
database searching
(n=6163)

l

J ([ entification ]

Records after duplicates removed
(n=5644)

|

Titles screened

Records excluded after

Screening

(n =5644) title screening
| (n=5403)
Abstracts screened Records excluded after
(n=241) abstract ing
(n=151)
| L
Full-text articles assessed
Y = Full-text articles excluded,
for eligibility &
(n=90) with reasons
% (n=51)
2 l
o
Studies included the Studies included after
o scoping review + references and citation
(n=39) search (n = 6) and after
hand search (n=2)

Included

[

Studies included in the
scoping review
(n=47)

Fig. 1. PRISMA Diagram.

iv) Charting the data

Study information and results which addressed the research
question were extracted (see Table 3).

v) Collating, summarising and reporting the results

Except for a few cases of basic numerical analysis of
percentages, data answering our research question were
analysed qualitatively through a conventional content analysis
approach [25]. The content codes were organised into
meaningful categories which summarised available evidence.
Results regarding patients’ perspectives were analysed and
reported independently for each neurological condition, and
doctors’ perspectives were analysed together due to the limited
number of relevant studies.

3. Results
3.1. Overview of studies included in the scoping review

In total, 47 studies were included in the review. Table 2
summarises basic study characteristics and Table 3 presents
characteristics for every study included in the review.

The majority of studies (n = 22) focused on MS; studies on
doctors’ perspectives were severely underrepresented in the
literature with only six studies included in this review. Qualitative
and quantitative methodologies were equally represented in the
patient studies and all study designs were retrospective. Studies
represented a range of countries, mainly from a western
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Table 2
Characteristics of included studies.

Total number of studies included 47
Studies on patients’ perspective

42 (MND = 15 [26,27,28,29,30,31,32,33,34,35,36,37,38,39,40], MS = 20°

[41,42,43,44,45,46,47,48,49,50,51,52,53,54,55,56,57,58,59,60), PD = 7 [61,62,63,64,65,66,67])

Studies on doctors’ perspectives

Quantitative studies 19
Qualitative studies 25
Mixed-methods studies 3
Countries

6 (MND =2 [70,71], MS = 3 [46,68,69] PD = 1 [72])

UK =15, Australia= 6, USA = 4, Italy = 5, Germany = 3, Sweden = 3, Netherlands = 2, South Africa = 2, Canada = 1, Greece = 1, Iran=1,

New Zealand = 1, Norway = 1, 2 European, multi-country surveys

2 One study [46] addressed both patient and professionals’ perspectives.

perspective, however the similarity of themes across studies
indicated that patients’ experience of receiving a diagnosis shared
common features.

3.2. Receiving the diagnosis of MND

3.2.1. Satisfaction with diagnosis delivery

In general, patients with MND were satisfied with the way
neurologists delivered the diagnosis, but this was not always the
case. Patients in an Italian survey gave high ratings of satisfaction
with bad news communication and felt that the doctors were
encouraging and understood their feelings during the diagnosis
[26]. Other quantitative studies [27,28] reported mixed results;
although the majority of patients were satisfied with how the
diagnosis was delivered, 32%-35% of patients felt dissatisfied. In
particular, patients were mostly satisfied with the privacy provided
and the absence of interruptions during the consultation, with only
a few exceptions reported. Satisfaction was also positively
associated with patients’ perceived ability of their neurologist,
although it is unclear whether the term ability specifically referred
to their communication skills or their general medical competence
[28]. However, 36%-56% of patients rated their doctor’s ability as
average or below average [28,29]. Similarly, qualitative studies also
revealed mixed results with patients sharing both positive and
negative experiences [30,31] although a study of a single centre
which was following international guidelines for MND care
received only positive feedback [32].

3.2.2. Information provision

Given the rarity and life-threatening nature of MND, patients
often required detailed information about their diagnosis. Patients
wanted to know about current research on MND, disease-
modifying therapies, their prognosis [26], their entitlements to
services [32], the treatment plan and information sources [28,30].
However, it was sometimes felt that the doctor shared insufficient
information about these topics [29,30]. Patients also reported their
dissatisfaction with doctors, indicating that the information given
was not always adequate and that the doctors did not always check
they had clearly understood the information [34] or provide
the opportunity for questions [35]. This elicited a ‘feeling of
abandonment’ with patients feeling responsible for seeking
information about their condition themselves. However, some
patients felt that there was limited potential for further
information due to the poor prognosis [36] and a qualitative
study highlighted that patients’ receptivity to information differed
dramatically [37].

3.2.3. Consultation duration

Survey studies reported a mean consultation of approximately
half an hour [28,29]. Patients who had received longer
consultations were more satisfied and considered their doctor
more skilled [28]. On the contrary, doctors who were judged to
possess poor skills only spent an average of 13.4 min on the

consultation [29]. Patients were often frustrated with a very short
consultation as they did not have the opportunity for discussion
[31]. At the same time, they knew the clinicians were in high
demand and it could take months for the next appointment [34].
Receiving such a complex diagnosis required time for them to
digest the information provided, express their feelings and ask
questions. The evaluation of a fast-track diagnostic service based
on principles of good practice in breaking bad news showed
positive patient satisfaction regarding the communication of the
diagnosis and the time taken [37]. Similarly, a qualitative study
which assessed patients’ perspectives on diagnosis delivery in a
2-tiered approach reported positive outcomes. Patients viewed
the second appointment - which they received only 10-14 days
after the first - as an opportunity to prepare questions, clear
misunderstandings and make informed decisions regarding their
treatment [36].

3.2.4. Doctors’ empathy

Qualitative studies and qualitative comments in quantitative
studies sometimes highlighted the need for doctors to show more
empathy. Patients often felt that their doctors did not approach
such a serious diagnosis in a caring and sensitive way and were
described as ‘detached’, ‘very clinical' and ‘insensitive’ [31,38].
Similarly, Pavey et al. [34] described that patients considered that
doctors were unwilling to be personally involved and offer
emotional support; a participant in the Hughes et al. [33] study
also reported feeling ‘dehumanised’. However, most studies that
addressed the issue reported mixed experiences [30,31,33,35,39]
or even exclusively positive experiences [37]. Patients valued being
listened to when they expressed their anxieties and fears regarding
the future [36] and those who were satisfied with their doctor’s
approach [31] described them as a ‘fantastic, caring person’ and
‘kind and empathetic'. Interestingly, the older study reported that
patients often found a straightforward and even blunt disclosure
style acceptable [40].

3.3. Receiving the diagnosis of MS

3.3.1. Satisfaction with diagnosis delivery

Regarding general satisfaction with the way doctors broke the
bad news for a MS diagnosis, studies presented mixed results. A
quantitative survey showed that 67 % of patients were completely
and 24 % were partially satisfied with the diagnosis delivery, 64 %
thought the medical staff were kind, 30 % thought they were
attentive and only 6% thought they were unfriendly or hasty [41]. It
is noteworthy though, that this survey was conducted in a single
MS centre. Additionally, two studies from Norway which used the
same questionnaire found that there was definitely room for
improvement as only 33 %-55 % of patients were satisfied with the
circumstances in which their diagnosis was communicated
[42,43]. Qualitative studies, on the other hand, indicated that
although some positive experiences were reported by patients,
these were the exceptions [44,45].
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Table 3
Characteristics of studies included in the review.

No.  Paper Was diagnosis Methodology Participants® Country Main results®
delivery the main
focus of the study?
Studies on patients’ perspectives
1 Abdulla et al., No Quantitative 106 people with MND ~ Germany 68 % were satisfied with how the diagnosis was delivered,
2014 [27] 69 % were satisfied with the amount and 77 % with the
comprehensibility of information provision.
Qualitative comments about impersonal/too short
consultation.
2 Aoun et al., Yes Quantitative 248 people with MND  Australia 65 % were satisfied with diagnosis delivery and 35 % were
2016b [28] not satisfied.
Higher satisfaction was associated with longer
consultation times.
3 Aoun et al., Yes Qualitative 248 people with MND  Australia Mixed results regarding neurologist’s empathy and
2018 [31] emotional support provision as well as time provided for
the consultation.
Information preferences differed among participants but
signposting to the MND Association was viewed positively.
4 Barker-Collo  No Qualitative 16 people with MS New Zealand Patients shared their experiences with doctors’ ‘overly
&Read, 2006 medical or formal approach’.
[56] All participants wanted information about MS at the time
of the diagnosis but were aware that shock at that point did
not help assimilate it.
5 Beisecker No Quantitative 41 people with MND,  United States Of the 35 patients who responded to questions about
et al. 1988 but only 35 were asked diagnosis delivery, 24 described a straightforward or even
[40] about diagnosis blunt disclosure style. Out of these 24 patients, 19 found
disclosure this an acceptable disclosure style but others thought the
physician seemed upset for having to give such a diagnosis
or talking about the fatality of the disease took away all
hope.
6 Bloem & No Quantitative 2068 people with PD 35 countries in 52.5 % of patients rated their experience with the diagnosis
Stocchi, 2012 Europe delivery as ‘good or very good' and 45.3 % as ‘poor or very
[62] poor’.

7 Callagher Yes Quantitative

et al., 2009 (Clinical audit of
37] patient
satisfaction)

8 Ceuninck van  Yes Qualitative
Capelle et al.,
2015 [57]

9 Chio et al., No Quantitative
2008 [26]

10 Dennison No Qualitative
et al, 2016
[59]

n Edwards Yes Qualitative
et al, 2008
[49]

23 people with MND

10 people with MS

60 people with MS

15 people with MS

24 people with MS

United Kingdom

Netherlands

Italy

United Kingdom

United Kingdom

62.2 % of patients reported having received general
information about their condition, 22.1 % received detailed
information, 14 % received information about medication at
diagnosis and less than 2.8 % received information about
PD support organisations.

66 % found information provided to be ‘helpful or very
helpful’

Patients receiving their diagnosis through a ‘fast-track’
service which utilised knowledge from the ‘breaking bad
news' literature and limited waiting times shared their
positive experiences with the consultation they received at
the time of diagnosis and were content with the privacy,
time and sensitivity provided and having a relative present.
Patients could vividly remember the physician delivering
the diagnosis and reported mixed experiences. Some were
satisfied with how the doctor handled the consultation and
the way they explained the diagnosis, while some others
reported receiving the diagnosis in an abrupt manner, not
having their questions answered and their emotions
attended.

Patients gave high ratings about their overall satisfaction
with diagnosis delivery and how encouraging and
understanding of their emotions their physician was.
Higher satisfaction was associated with the feeling that the
physician has understood their feelings.

Most patients wanted to receive information about current
research on MND (65 %), therapies that could slow disease
progression (56.7 %) and MND outcome (43.3 %)

Patients reported negative experiences about how their
diagnosis was communicated and the lack of support they
received at that time which left them feel distressed and
upset. Neurologists were viewed as ‘diagnosers’ with no
interest in patients’ perspectives.

All patients reported diagnosis as an unsuitable point for
receiving prognostic information.

Many participants were not satisfied with how they
received their diagnosis, especially with physicians’ often
casual and unsympathetic approach. One participant
reported being given the diagnosis over the phone and
another one at Christmas Even. Such negative experiences
elicited emotions of disappointment and anger

The majority felt they had not received adequate amount of
information (n = 20)
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No.  Paper

Was diagnosis
delivery the main
focus of the study?

Methodology

Participants®

Country

Main results®

12 Gottberg No
et al., 2008
[42]

13 Habermann,  No
1996 [64]

14 Hepworth &  No
Harrison,
2004 [51]

15 Hogden et al., No
2012 [38]

16 Hugel etal,  Yes
2006 [32]

17 Hughes et al., No
2005 [33]

18 Isaksson & No
Ahlstrém,
2006 [58]

19 Johnson, Yes
2003 [45]

20 Johnston Yes
et al., 1996
135]

Quantitative

Qualitative

Mixed
(questionnaires
and focus
groups)

Qualitative

Qualitative

Qualitative

Qualitative

Qualitative

Quantitative

166 people with MS

16 people with PD

2030 questionnaire
respondents and 103
participated in the
focus groups (people
with MS)

14 people with MND

13 people with MND

9 people with MND

61 people with MS

24 people with MS

50 people with MND

Sweden

United States

United Kingdom

Australia

United Kingdom

United Kingdom

Sweden

United Kingdom

United Kingdom

55 % of patients were dissatisfied with the situation in
which they first received the diagnosis

Reactions of shock when receiving the diagnosis did not
allow some participants to process the information
provided at that point, but others clearly recalled being
given very little information about their diagnosis.

A participant who received inadequate information at the
point of the diagnosis shared his experience with an
unsympathetic professional who only saw him for 12 min
and did not give him any hope.

Living and coping with the disease were not discussed with
their physician at the point of diagnosis.

Out of the 103 patients who participated in the focus
groups, 49 % mentioned negative experiences they had
when they received their diagnosis and only 8 participants
were happy with how they were given the diagnosis. The
most often negative experiences were related to the
physicians’ attitude and inadequate provision of
information and support.

Data from the questionnaires showed that at the point of
diagnosis over 50 % of participants would like to receive
information on symptoms and management, drug
treatments, disease course, exercise, diet and information
for the family. The study also showed that whereas only 20
% of patients diagnosed in 1980 received information about
their diagnosis, the majority of patients (70 %) diagnosed
after 2000 had received information at diagnosis.

Two participants reported having limited understanding of
the implications of MND at the time of diagnosis which
implied inadequate information provision, but also several
participants were frustrated that professionals did not
share information on survival times and disease
trajectories.

Patients ication of the
diagnosis by neurologists as one ol’rhe negative experiences
they had had with interacting withhealthcare professionals.
Patients in this single-centre study were satisfied with how
their diagnosis was communicated and particularly valued
being given the diagnosis in a private setting, with a
relative or carer involved in the consultation, in an
empathic way tailored to their needs.

Patients needed information about their entitlements to
services at the point of diagnosis.

Some patients felt that the physicians delivering the
diagnosis were distant.

Some patients reported having received the diagnosis
through the telephone and felt angry about the way they
were informed.

Patients shared a variety of experiences related to how they
had received their diagnosis, but most of them shared their
dissatisfaction with how this had been approached by the
professionals. Some patients felt the neurologists were
only concerned with reaching the diagnosis and had no
further interest in them as patients, leaving them feeling
‘cut-off' post diagnosis. More positive experiences were
reported by a patient who was given the news by their GP
and five participants who were told of an MS nurse.

29 patients understood what they told at diagnosis, 15 did
not and 5 were unsure. 24 patients asked the questions
they wanted to ask but 22 did not and understanding was
associated with being able to ask questions.

Half of the patients were given the diagnosis with no one
else included in the consultation and only 8 had been asked
to bring someone. Four patients were given the diagnosis in
a non-private setting.

23 patients reported some good points about how they
received the diagnosis, such as the doctor telling the truth,
being honest and direct and showing kindness/empathy.
26 patients reported some bad points such as being told the
diagnosis in a vague or indirect way, not being able to ask
questions or the lack of privacy.

Patients for better di
communication such as giving more information and
providing clearer explanations.

Please cite this article in press as: E. Anestis, et al., Giving and receiving a d ofa
doctors’ and patients’ perspectives, Patient Educ Couns (2020), https://doi.org/10. 1016/_] pec.2020.03.023

ical condition: A scoping review of

379



G Model
PEC 6573 No. of Pages 15

E. Anestis et al./Patient Education and Counseling xxx (2019) Xxx-Xxx

Table 3 (Continued)

No.  Paper Was diagnosis Methodology Participants® Country
delivery the main
focus of the study?

Main results*

21 Lode et al., No Quantitative 86 people with MS Norway
2007 [55]

22 Lorefice et al., No Quantitative 497 people with MS Italy
2013 [41]

23 Macht et al.,  No Qualitative 33 people with PD Germany
2003 [65]

24 Malcomson  No Qualitative 13 people with MS, 2 United Kingdom
etal, 2008 focus groups
[44]

25 McCluskey Yes Quantitative 144 people with MND  United States
etal, 2004
[29]

26 O'Brien et al., Yes Qualitative 24 people with MND  United Kingdom
2011 [30]

27 Pavey et al,  Yes Qualitative 41 people with MND  United Kingdom
2013 [34)

56.8 % of patients were satisfied and 43.2 % were
dissatisfied or very dissatisfied with the information they
received at diagnosis (satisfaction with information was
associated with future coping with the condition and the
employment of problem-solving strategies).

67 % of patients were completely satisfied with their
diagnosis, 24 % thought the process to be lacking in some
respects and 9% were dissatisfied, while 64 % thought the
medical staff were kind and 30% thought they were attentive.
Information on MS therapies and therapeutic choice were
considered exhaustive by the majority of patients (79 % and
83 %) and 53 % of patients were satisfied with information
about future therapy options.

At diagnosis, patients needed information on the causes,
symptoms and treatment choices.

Patients shared a variety of experiences regarding the
communication of their diagnosis. Those who shared
positive experiences had been immediately given diagnosis
and disease-related information tailored to their needs and
felt they could cope with their condition. On the other
hand, patients were not always provided with information
or answers to their questions about their diagnosis in a
timely manner. A patient also reported that they were
given the diagnosis within 5-10 minutes without any
further explanation.

7 patients shared their experiences with the physicians
often abrupt and insensitive approach to diagnosis
delivery, which lacked empathy and understanding. 10
participants also thought that professionals were vague
when giving the diagnosis. 11 participants reported that
they received no information about coping with the
diagnosis and the symptoms and daily living with the
condition. These negative experiences caused confusion
and worry to these participants, whose questions about
their condition remained unanswered and felt the
physicians could not understand how they feel. In contrast,
one participant shared a positive experience with how she
received the diagnosis by a GP who provided her support
and information and was also offered counselling and help
from nurses.

Patients reported that physicians spent an average of 32
min to deliver the diagnosis, 36% spend less than 20 min,
27% spent less than 15 min, 17% spend less than 10 min and
5% less than 5 min.

Patients rated the physician’s performance as poor (16.4 %),
below average (8.6 %), average (31 %), good (19 %), or
excellent (25 %).

Less than half of physicians informed patients about MND-
related association and about half gave information on
specialised centres. 65 % of physicians identified MND as
terminal, but according to patients only a few (11 %)
discussed end of life options, hospice (9%) and
tracheostomy and ventilation (17 %).

Rating of physician's performance was associated with
time spend to deliver the news.

Patients reported mixed experiences regarding diagnosis
delivery. Some reported positive experiences, where bad
news was adequately explained in a sensitive manner.
Others had unsatisfactory experiences, reporting blunt
interactions with physicians with poor communication
skills and empathy. Some patients also talked about the
very short consultation that lacked privacy and
information provision. Patients with such negative
experiences felt anger but could also feel sympathy and
understood the difficulty that physicians faced when
breaking bad news.

It was common in participants’ accounts to feel that
diagnosis delivery was carried out in a way that avoided

personal i and lacked i support and
empathy. Limited consultation duration and |nadequate
information provision and explanation of the di wa

also a common issue for patients. Some reported being
informed about the MND Association but this was not the
case for everyone. Finally, some patients reported that they
had not been asked to bring someone with them.
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Table 3 (Continued)

No.  Paper Was diagnosis Methodology Participants® Country
delivery the main
focus of the study?

Main results®

28 Peek, 2017 Yes Qualitative 37 people with PD United Kingdom
[63]

29 Pretorius & No Qualitative 10 people with MS South Africa
Jouber, 2014
(53]

30 Remm, 2019. Yes Qualitative 6 people with MND Australia
139]

31 Schragetal, Yes Quantitative 1775 people with PD 11 European
2018 [61] countries

32 Seeber et al, No Qualitative 10 appointments Netherlands
2016 [36] observed, 21 people
with MND were
interviewed

33 Shawetal, No Qualitative 12 people with PD United Kingdom
2017 [67]

34 Solarietal, Yes Qualitative 23 people with MS in  Italy
2007 [50] two focus groups

Most patients talked about their negative experiences of
being diagnosed. They felt their interaction with the doctor
was ‘business-like’ and ‘swift’, the physicians did not seem
to understand the emotional impact of the diagnosis and
often offered a very short appointment, providing little or
no explanation of the diagnosis. On the contrary, patients
appreciated an approach that showed that the significance
of this moment was respected by the doctor, who provided
reassurance and a sense of hope.
Most participants were dissatisfied with their doctors’
often unsympathetic or ‘rushed’ approach, reporting very
short consultation times and little or no information
provision about how to cope with MS and adjust their
lifestyle.
Patients reported mixed experiences regarding the
physician’s approach to diagnosis delivery. Patients valued
being cared for and treated as a person rather than a
diagnosis and felt anger when this was not the case.
Panents w:th posmve experiences felt their physician was
d in them, who they could
speak openly and trust.
50 % thought they were given the diagnosis quite or very
sensitively and 50 % felt they were told not very or not at all
sensitively.
38 % reported being given enough time to ask questions
and discuss concerns, while 17 % would have liked more
time to ask questions, 12 % reported not having been given
any time to ask questions and 28 % felt they were not able to
ask question at that time anyway.
2% reported not being given any information at all, patients
received mostly information on symptoms, diagnosis,
causes and medication and almost half of the respondents
did not receive information on non-drug treatments.
Information was perceived as helpful by 64 % of
respondents, but 36 % did not find the information
helpful.
49 % were satisfied, 29 % were neutral and 22 % were
dissatisfied with the consultation at diagnosis.
Patient satisfaction was associated with more sensitively
diagnosis delivery, time provided to ask questions and
quantity of information provided.
Some patients wanted to obtain as much information as
possible while others were more reserved at diagnosis,
however everyone wanted to know about prognosis and
available therapies. Patients valued when the physicians
were straightforward and had asked them to bring
someone with them and being offered a second
appointment to further explain the diagnosis was generally
viewed positively. Patients valued this quick follow-up
appointment since it gave them the opportunity and time
to ask i clear mi i but also express
their stressed, wishes and expectations about the future.
While some participants were satisfied with how they
were given their diagnosis, others had negative
experiences, such as being told in a non-private
environment or being told in an abrupt, impersonal
manner.
Patients’ information preferences at diagnosis also differed,
with some patients wanting as much information possible,
while others felt that too much information was not helpful
for them.
Patients reported mixed experiences regarding how they
received their diagnosis, but it was generally agreed that
patients diagnosed more recently had more positive
experiences. All participants agreed that physicians should
invest adequate time for diagnosis delivery, however not all
had enough time to discuss the diagnosis in-depth and ask
questions. Patients also required a private setting without
interruptions when receiving the bad news and when this
was not the case, they felt helplessness. Patients had
different preferences regarding the presence of significant
others or other healthcare professionals in the consultation
at the point of diagnosis but agreed that the presence of
staff not involved in the consultation impaired the
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Table 3 (Continued)

No.  Paper Was diagnosis
delivery the main

focus of the study?

Methodology

Participants®

Country

Main results*

35 Thorne et al, No
2004 [48]

Qualitative

36 Thornton &  No
Lea, 1992 [52]

Mixed

37 Warren et al., Yes
2016 [66]

Qualitative

38 White et al,  No Quantitative
2007 [60]
39 Wollin etal, No Mixed

2000 [54]

40 Yazdannik No
etal, 2015
[47]

Qualitative

41 Ytterberg No Quantitative

et al, 2008
(43]

Studies on doctors’ perspectives

42 Aoun et al., Yes Quantitative
2016a [71]

12 people with MS

40 people with MS

6 people with PD

145 people with MS

34 people with MS
completed the
questionnaire and 7
were interviewed

20 people with MS

219 people with MS

73 neurologists

Canada

South Africa

United Kingdom

United States

Australia

Iran

Sweden

Australia

confidentiality of the meeting. Regarding information
provision, patients agreed that it should be tailored to the
situation and the needs of the individual, but explanations
should be kept simple, using direct language and avoiding
medical jargon. Patients valued bilateral communication
and being offered a quick follow-up appointment with the
same physician to further discuss the diagnosis and ask
questions.

Participants talked about the value of timely and direct
information provision and their disapproval of being
patronised by physicians who did not want to give too
much information, avoided to talk about worst-case
scenarios and were evasive and general rather than
direct and specific. However, a participant felt
disempowered by learning about the chronic and
degenerative nature of MS.

70 % felt they did not receive sufficient information at
the time of diagnosis and out of 30 % who did so, most
believed it was because they had pushed for it and others
felt they would not be able to cope with additional
information.

Although most participants felt their consultants would be
able to answer their questions, some thought they were to
ignorant to know what questions to ask.

Patients shared negative experiences they had with
diagnosis delivery, particularly a lack of compassion or
sensitivity from the diagnosing physician. Patients also had
the sense that professionals did not have sufficient time for
the consultation.

44 % of patients reported that a medical provider discussed
their emotional well-being with them at the time of
diagnosis

Patients who reported talking about their emotional well-
being at diagnosis had significant higher levels of
acceptance and positive outcomes Iliness

Cognition Questionnaire.

73 % of patients believed patients should be informed about
how MS affect patients at diagnosis (the need for
information on MS symptoms was also a common theme
for the patients interviewed). Information on managing (57
%) and treatment (50 %) of MS was also favoured.
Regarding information about services at the point of
diagnosis, patients reported that information about
counseling (62 %), support groups (59 %), and
physiotherapy and exercise (58 %) would have been useful.
From the 29 patients who answered the open-ended
questions of the survey, 20 % had been advised to contact
MS society and 17 % indicated they had received no useful
information at diagnosis.

Some patients were not satisfied with how the diagnosis
was communicated, especially when they were only
provided with a brief description of the diagnosis and the
consultation was rushed or they felt the professional did
not pay attention to their mental needs.

57 % of patient were satisfied with the circumstances under
which the diagnosis was delivered

68 % reported requiring two consultations to convey the
diagnosis.

Mean consultation time was 23 min and 45 min for
neurologists practicing in MND multidisciplinary

clinics.

70 % found delivering the diagnosis “very to somewhat
difficult”, 43 % found responding to patient/family
emotional reactions to be difficult and 65 % experienced
“high to moderate” stress and anxiety.

Being honest but not taking away hope (80 %); dealing with
the patient's emotion (38 %) and spending the right amount
of time

(28 %) were found to be the most challenging aspects of
diagnosis delivery.

74 % were ‘'somewhat to very interested’ to receive training
in responding to patient’s emotions.
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No.

Paper

Was diagnosis
delivery the main
focus of the study?

Methodology Participants®

Country

Main results®

43

44

45

46

Chio et al.,
2001 [70]

Martinelli
et al., 2012
[69]

Papathanasopowes

36 centres with an
interest in MND
(questionnaires filled
by neurologists)

172 neurologists

No Quantitative

Yes Quantitative

Quantitative 217 neurologists

et al., 2008 [68]

Pinder, 1992

[72]

Yes Qualitative
reports data from 15
people with PD,
however these were
not included in the
analysis since they
mostly on emotional
reaction and coping
with the diagnosis)

Studies on both patients’ and doctors’ perspectives

47

Heesen et al.,

2003 [46]

Yes Quantitative
neurologists

Italy

Italy

Greece

18 GPs (the study also  United Kingdom

434 people with MS, 80 Germany

Mean consultation time for diagnosis delivery was 32.7
min in large centres and 27 min in small centres.
Written information at diagnosis was given by 8 (36 %)
small and 5 (36 %) large centres.

96 % of gists icated the di. is in a
private setting

52 % required less than half an hour, 38 % require 3060
minutes and 10% require more than an hour to deliver the
diagnosis.

61 % answered patients’ questions and doubts and try to
offer comfort and support, suggesting a disease-modifying
therapy

26 % provided written information

88 % preferred to involve patients’ relatives in the
consultation

32 % straightforwardly used the term

multiple sclerosis from the beginning of the consultation,
11 % avoided using it and 57 % only used it at the end of the
consultation or in subsequent visits.

87 % used language aimed at obtaining cooperation and
bidirectional communication, 79 % would like to tailor their
communication on patient’s psychological profile but only
3% thought this is possible, mostly because of limited time
resources

64 % felt emotionally involved in the relationship with the
patient

79 % rated their communication as

adequate or competent, but only 14 % thought they could
manage all patients’ needs and expectations

41.7 % of neurologists used the term multiple sclerosis
when delivering the diagnosis and preferred other terms
such as demyelination or nervous system infection.

78.7 % included patients’ relatives in the consultation
Most physicians felt that the information they provided
helped the patient understand the meaning of the
diagnosis. When a patient does not fully understand the
meaning of the diagnosis, 72 % of physicians thought this
was mainly because of their education level and also their
emotional response to the news (51.9 %).

52 % reported investing more than 30 min, 22% more than
an hour and at least two sessions to deliver the diagnosis.
GPs approached diagnosis delivery based on their
theoretical knowledge and felt content having ‘solved the
puzzle' and being able to manage the condition via
medication. Most of them felt the diagnosis of PD is not as
emotionally loaded, comparing it to other more severe
neurological conditions and considered it a somehow
natural outcome of the ageing process, ideas which they try
to incorporate in the diagnosis delivery consultation.
However, some GPs also acknowledged the ‘horrifying’
impact the diagnosis might have on the patients and
tailored their consultations accordingly.

90 % of patients reported receiving the diagnosis from a
neurologist and 50 % considered them the major aid
helping to understand the disease and up to 50 % reported
that the time invested by the physician for the diagnosis
delivery was too short. 30 % reported that information was
given too cautiously and 52 % were not informed about
available therapies at the point of diagnosis, 71 % of those
who received such information rated the extent as
sufficient.

28 % of neurologists do not use the term multiple sclerosis
when explaining the diagnosis, 84 % try include patients’
relatives to the consultation, most of them believe that
80 %-100 % of their patients are fully informed about their
diagnosis but 70% thought their patients are well-informed
about therapeutic options

? The table only addresses study participants and results that relate to the research question of this review.
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3.3.2. Information provision

Beyond sharing their preference to be told their diagnosis in an
honest and clear way, patients in most studies also shared their
views on the amount and nature of the information they received
during the diagnostic consultation. A survey showed that although
90 % of MS diagnoses were given by neurologists, only 50 % of
patients considered them their major support regarding the
meaning of the diagnosis [46]. In general, data from both
quantitative and qualitative studies showed that patients felt they
were not provided with adequate information about their
condition [44-53] or they had to push to receive the information
they wanted [53].

At the time of diagnosis patients seemed to need general
information about MS, information on treatment options and
managing their symptoms [46,48,52], information on counselling
services [51,54] and lifestyle changes [44,53]. A survey [46]
showed that 52 % of patients were not informed about MS
therapies when the diagnosis was made, however in a more recent
study [41], 79 % of patients considered their doctor’s information
on treatment choices to be exhaustive. Patients preferred
information to be communicated in a simple and direct way
[48,50], without the use of medical jargon [50] and reference to
worst case scenarios [48]. However, a few studies made it clear that
the type of information provided at diagnosis should be tailored to
the individual [50] and some patients might not want any
additional information at that point when the diagnosis itself is
‘enough to handle’ [52]. In addition, patients often felt that
accessing reliable information sources was not facilitated by
healthcare professionals [45] who sometimes failed to signpost
patients to organisations or specialised MS centres which could
have been useful [44,49,55].

Patients explained that effective information provision at the
time of the diagnosis would help mitigate the fear elicited by
the diagnosis it [44,48]. Moreover, in a study in which 43.2 % of
patients were dissatisfied or very dissatisfied with the information
they received at diagnosis, satisfaction with information was
associated with more adaptive coping with the condition [55].
Nonetheless, some patients expressed the view that even though
the doctor might have provided them with information about their
diagnosis, their state of shock might have not allowed them to
assimilate it [49,56].

3.3.3. Consultation duration

Time dedicated to the consultation was an important variable
which shaped patients’ experiences of diagnosis delivery. A survey
showed that 50 % of patients thought that time taken by the doctor
to deliver the diagnosis was too short [49] and patients in
qualitative studies [50,53,57] also reported that their appointment
felt ‘rushed’. Doctors were perceived to be in a hurry to see the next
patient, with not enough time to ask questions and receive
answers.

3.3.4. Doctors’ empathy

Patients in several studies reported that sometimes their
doctors did not show any empathy, did not provide emotional
support and delivered the diagnosis in a casual and overly medical
way [44,56,49,51,53,57]. In a UK study with focus groups, out of
103 patients with MS, only 8 reported being happy with the
communication of their diagnosis [51]. Some qualitative studies
captured some extreme scenarios, for example, patients who were
told their diagnosis over the telephone [49,58], on Christmas
Eve [49] or via mail [50]. Neurologists were sometimes viewed as
‘diagnosers’ with little or no interest in the patients [45,59], unable
to understand fully the patients’ perspective [44]. Patients who
had negative experiences reported anger, disappointment and
bitterness towards the medical profession [49,59]. Furthermore, a

quantitative study associated discussion of patients’ emotional
well-being with the professional at the time of diagnosis with
positive post-diagnostic outcomes [60]. In this study, 44 % of
patients reported having such a discussion with their doctor which
was associated with significantly higher levels of acceptance of
their condition as well as other benefits.

3.4. Receiving the diagnosis of PD

3.4.1. Satisfaction with diagnosis delivery

Data on overall satisfaction with the delivery of PD diagnosis
indicated that there was room for improvement with 49 % of
patients being satisfied with their consultation, 29 % being neutral
and 22 % being dissatisfied [61]. A more negative image was drawn
in another study where 52.5 % of patients rated their experience
with the diagnosis delivery as good or very good and 45.3 % as poor
or very poor [62]. However, this difference can potentially be
explained by differences in culture and healthcare systems since,
although both were European surveys, the second study gathered
data from 35 countries whereas the first one did so from 11.

3.4.2. Information provision

In Bloem's and Stocchi's [62] European survey, 62.2 % of patients
reported having received general information about their condi-
tion and although less than 1% reported not having received any
information, only 22.1 % said they received detailed information.
Around 14 % received information about medication at diagnosis
and less than 2.8 % received information regarding PD support
organisations. In the same study, the information provided at
diagnosis was considered helpful or very helpful by 64 % of
respondents, with a more recent European survey reporting the
same percentage (64 %) [61]. In this survey, although respondents
reported having received general information about the causes,
symptoms and medication, nearly half stated they had not received
any information on non-drug treatments at diagnosis. Qualitative
studies often reported patients’ negative experiences with
information provision at diagnosis. Patients often felt that they
left the consulting room with very little information about their
condition [63-65]. There were instances when patients’ questions
were not answered in a satisfactory manner [65] or patients
reported receiving no information at all from their doctors but
were encouraged to buy a book about PD or search information on
the internet instead [63].

3.4.3. Consultation duration

Inadequate information provision could be associated with
limited consultation duration since only 38 % of patients in the
most recent European patient survey reported being given enough
time to ask questions, while 17 % would have liked more than the
time they were given and 12 % were not given any time at all [61].
Other studies also reported short consultation times (even 5-10
min in extreme cases [65]) which did not allow time for a detailed
explanation of the diagnosis [63,64,66]. On the other hand, some
patients were satisfied with the information they were provided
[65] and it should be noted that being given too much information
was also at times considered problematic [67].

3.4.4. Doctors’ empathy

European surveys presented mixed patient experiences regard-
ing the doctor’s approach to delivering the diagnosis. Bloem and
Stocchi [62] used a 10-point Likert scale to measure clinicians’
attitude, ranging from abrupt to kind, in which 58.9 % of patients
gave positive scores (6-10) and 36.4 % gave negative scores (1-5)
with 16.9 % choosing the best possible and 11.3 % the worst possible
score. Percentages differed in a more recent survey where 50 % of
patients reported that their PD diagnosis was communicated quite
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or very sensitively and 50 % felt it was given not very or not at all
sensitively [61]. Qualitative studies were consistent with these
findings and provided vivid accounts of patients who felt that
receiving the diagnosis was an important moment for them which
was not always handled appropriately by the doctors. The
diagnosis was often communicated abruptly, in a casual way,
without any sensitivity or compassion [63,66,67].

Patients often shared similar stories in which their diagnosis
was handled ‘routinely’ in a ‘business-like' way, in an appointment
so ‘swift’ that they did not have space to consider their reaction
[63]. On the contrary, an account from a patient who had a positive
experience with her doctor indicated that patients value doctors
who show an understanding of the emotional impact of the
diagnosis, adopt a positive attitude and provide reassurance that
their condition can be managed with professional help. Indeed, a
more sensitive delivery of the diagnosis was associated with
higher patient satisfaction, having a stronger relationship with
satisfaction than the helpfulness of the information provided, and
the time provided to ask questions [61].
icating the di

3.5. Doctors’ perspectives on ¢ is for MNDDs

Studies on doctors’ perspectives on communicating a diagnosis
for MNDDs were limited and reported little data on the actual
consultation. Instead, these studies focused on other issues such as
when the diagnosis should be disclosed. Data relevant to our
review question were mostly associated with neurologists’
practice.

For the case of MS, doctors often [46,68] (28 %-58.3 %) avoided
using the term ‘multiple sclerosis’ when communicating the
diagnosis or did so only at the end of the consultation or in
subsequent visits (57 %) [69]. Instead, other terms such as
‘demyelination’ or ‘nervous system infection’ were used [68],
possibly because they were considered less ‘negatively charged’
and less associated with the stigma associated with the term MS.
Overall, neurologists in these surveys seemed to be sensitive to the
emotional impact of the diagnostic process and reported being
willing to support patients through information provision. The
vast majority reported delivering the diagnosis of MS in a private
setting [68], involving patients’ relatives [68,69] and approxi-
mately 50 % took more than half an hour (and sometimes more
than an hour) for the consultation [46,69]. Most neurologists felt
emotionally involved in the relationship with the patient (64 %)
and used the shared decision-making model (87 %). They aimed
to initiate bidirectional communication, answered patients’
questions (61 %) and tried to ‘offer comfort and support suggesting
a disease-modifying therapy’ [69]. Around 77 % believed the way
they communicated the diagnosis assisted the patient in
understanding the meaning of the diagnosis [68] and although
79 % considered their communication practice as competent,
only 14 % believed they had managed all patient needs and
expectations [69].

Apart from a survey assessing MND care in Italy, which found
that the time taken to explain the diagnosis was around 30 min
[70], the only survey focusing solely on the communication of MND
diagnosis was conducted in Australia and assessed neurologists’
current practice and experiences of breaking bad news [71]. Most
neurologists (68 %) used two consultations to deliver the diagnosis
with the mean duration of each consultation being 23 min. The
duration was double (45 min) for neurologists who practised in
multidisciplinary MND clinics. Almost all (98 %) of neurologists
reported having a patient's relative involved in the consultation, 73
% referred to an MND association and 78 % gave the diagnosis in a
private space but only 41 % were always able to avoid interruptions.
Regarding the content of the consultation, the degree of certainty,
how the diagnosis was reached and the course of the disease were

the most discussed aspects, while being honest without taking
away hope, dealing with a patient’s emotions and spending enough
time were the most challenging aspects. About 70 % of neurologists
reported that delivering the diagnosis was a ‘very to somewhat
difficult’ task and believed that difficulties were due to the lack of
effective treatment for MND, the fear of causing distress or not
having all the answers. Moreover, communicating the diagnosis
induced ‘high to moderate’ stress and anxiety for 65 % of
neurologists.

Finally, Pinder’s study conducted in in the UK [72] explored
general practitioners’ (GPs’) perspectives on the diagnosis of PD.
This qualitative study focused on professionals’ experience of
reaching the diagnosis and the beliefs that informed their practice.
Diagnosing was often a ‘eureka moment’, a moment of theoretical
‘coherence’ that gave satisfaction to the doctors. The diagnosis was
viewed positively since it did not only validate their role as
‘diagnosticians’ but also enabled them to initiate treatment, help
patients manage their condition and prove their symptoms
credible. A PD diagnosis was not viewed as so ‘emotionally loaded’
by GPs especially when it was diagnosed in older people and it was
often compared with other ‘more serious’ conditions. Doctors tried
to incorporate these views into the communication of the
diagnosis to help patients come to terms with the disease. In
addition, several doctors were more empathetic and tried to
deliver the diagnosis in a way which showed consideration for how
PD might affect patients’ relationship with their bodies and their
daily lives.

4. Discussion and conclusion
4.1. Discussion

Although the topic of breaking bad news has been studied more
extensively within other fields of medicine [6], a considerable
number of studies were identified that addressed this issue for
MNDDs. This scoping review revealed a significant research gap in
doctors’ perspectives of delivering a MNDD diagnosis. Moreover,
the small number of doctor-studies included in this review made it
difficult to compare and contrast patients’ and professionals’ views
on the delivery of the diagnosis of an MNDD. Overall, patients
across conditions were fairly satisfied with the way they were told
their diagnosis and more recent papers drew a more positive image
than older ones, potentially due to the growing emphasis on the
importance of communication in healthcare and the patient-
centred care ‘movement’ [73,74]. Most doctors also reported
relatively high standards of practice in delivering this task.
However, survey studies reported considerable percentages of
patients who were dissatisfied with the process and, with the
qualitative studies, illustrated several aspects of the diagnosis
delivery consultation which could be improved.

Effective information provision and patient education are
considered two of the pillars of patient-centred care, a model of
care considered appropriate for individuals with chronic con-
ditions and complex health care needs such as MND [75], MS [76]
and PD [77]. However, patients in the studies included in this
review often expressed their dissatisfaction with both the amount
and nature of information they received (or did not receive) during
the delivery of their diagnosis. Studies with newly diagnosed
cancer patients have shown that information provision can lead to
several positive outcomes such as gaining a sense of control,
reducing anxiety, promoting compliance, realistic expectations,
self-care and feelings of safety [ 78]. Increasing patients’ knowledge
of their condition can tackle stereotypical disease representations
that do not apply for all cases (e.g., equating having MS with being
wheelchair-bound and dependent). Providing adequate and timely
information at diagnosis is also vital for shared-decision making,
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especially for conditions such as multiple sclerosis when long-
term treatment decisions have to be taken early on [79,80].
Additionally, some patients reported that their doctor did not
signpost them to relevant organisations or reliable information
sources which raised feelings of abandonment. This was a missed
opportunity to connect with community-based organisations
which have been shown to generate a feeling of relief while
offering a holistic approach to supporting patients and their carers
[81]. Being left alone to seek information for their condition
themselves, patients often turned to the internet, where informa-
tion sources varied in reliability and could be misleading,
especially regarding treatment options [82,83].

On the other hand, studies on neurologists’ practice illustrated
a willingness to support patients via information provision.
Although, as stated above, the limited volume of data on doctors’
perspectives does not allow for robust comparisons, this discrep-
ancy between patients’ experiences and doctors’ reported practice
could be attributed to doctors’ often not assessing accurately
patients’ information needs [79]. The preferred amount of
information differed significantly among patients, but in general
it seemed that doctors tended to underestimate patients’
information needs [84].

Whether health care professionals showed compassion while
delivering the diagnosis was another major topic addressed.
Patient studies across conditions reported mixed results regarding
the doctor’s manner of managing the consultation. While this was
not the case for everyone, it was often felt that they did not receive
emotional support at the time of diagnosis and described
unsympathetic, detached, insensitive professionals with an overly
medical and casual approach. In other words, as Habermann [64]
noted: ‘The human significance was passed over and objectified by
what is known about the disease and treatment’. [p.404]. Patients’
negative experiences highlighted a contrast between their strong
emotional reaction to the news of the diagnosis and the often-
emotionless practice of their doctors, which left them feeling
angry, disappointed, bitter or even dehumanised.

A factor that could partially explain why individuals felt they
did not receive adequate information and emotional support from
their doctors were time constraints. Individuals across conditions
often reported receiving short consultations, which caused
frustration and a sense of being ‘rushed’ [65].

4.2. Practice and research implications

This scoping review showed that several aspects of the
diagnosis delivery process could be improved. Although the
difficulties inherent in effect doctor-patient communication
are significant, efforts must be made to promote a culture of
continuous professional development and learning in this
important area [85]. Adopting a truly patient-centred approach
to communication needs to be the overarching framework for
development and improvement. As part of this, healthcare
professionals delivering such diagnoses need to assess patients’
information needs by being sensitive to patient cues, checking
their understanding of the information provided and providing
time for questions. However, given that many professionals are
restricted by time, it is suggested that they at least provide basic
information about the condition, an overview of treatment options
and effects of the condition on daily life and then signpost patients
to reliable information sources such as specialist nurses and
disease associations which will further support them. Delivering
the diagnosis in two consultations has also been found to be
beneficial to patients. Moreover, professionals need to maintain a
caring and empathic attitude, avoid an overly medical and
detached approach and provide support especially to patients
who show the need to share their concerns and emotions.

Beyond practice implications, future research should
incorporate doctors’ views, encourage experiential and emotional
explorations and, therefore, create a deeper and more holistic
understanding of the doctor-patient communication at the time
of diagnosis. The aim of this would be to shed light on the
challenges and facilitators of effective communication at this
time, inform best practice guidelines and appropriately support
professionals.

4.3. Limitations

This scoping review's main limitations are the inclusion of only
studies written in English due to funding and time constraints, and
the potential inclusion of low-quality studies due to the absence of
a quality appraisal tool. However, this is usual practice in scoping
reviews [86]. In addition, the screening of the titles/abstracts and
the eligibility assessment of the papers were made by only one
person and only 10 % of the citations were reviewed by a second
person.

4.4. Conclusion

This scoping review found that diagnosis communication is a
crucial moment for patients with MNDDs which requires a careful
approach from doctors. Although some basic standards of good
practice were being met and patients were generally satisfied, a
significant proportion of patients were dissatisfied with the way
they were given their diagnosis and reported issues related to
inadequate information provision, lack of empathy and insufficient
consultation duration. The review also found an important
research gap on professionals’ perspectives of giving bad news
to individuals with these conditions. More research involving both
the bearer and the receiver of bad news for MNDDs is needed
for the development of evidence-based training programmes
and guidelines for diagnosis communication, all informed by a
patient-centred approach.
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Footnote

(i): MS’s neurological nature has been a matter of controversy in
medicine. We signpost to this review of data that supports
neurodegeneration as the major cause of irreversible neurological
damage: Trapp, B. D., & Nave, K. A. (2008). Multiple sclerosis: an
immune or neurodegenerative disorder?. Annu. Rev. Neurosci., 31,
247-269.

Appendix A.

Search strategies (Databases searched on July 29th 2019)
Pubmed
((((("Multiple Sclerosis/diagnosis"[Mesh] OR "Multiple Scle-
rosis/physiology”[Mesh]) OR ("Motor Neuron Disease/diagnosis"[-
Mesh] OR "Motor Neuron Disease/physiology”[Mesh])) OR
("Amyotrophic Lateral Sclerosis/diagnosis”[Mesh] OR "Amyotro-
phic Lateral Sclerosis/psychology”[Mesh])) OR ("ParkinsonDisease/
diagnosis"[Mesh] OR "Parkinson Disease/psychology”[Mesh])))
AND ((((((((("Patient Satisfaction"[Mesh] OR "Referral and Con-
sultation"[Mesh]) OR ("Physicians/ethics"[Mesh] OR "Physicians/
psychology"[Mesh])) OR "Communication"[Mesh]) OR "Truth
Disclosure"[Mesh]) OR “Attitude to Health"[Mesh]) OR
"Physician-Patient Relations"[Mesh]) OR "Attitude of Health
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Personnel”[Mesh]) OR "Professional-Patient Relations"[Mesh]) OR
"Health Personnel/psychology"[Mesh])

Scopus

(TITLE-ABS-KEY("parkinson* disease” OR "motor neuron*
disease” OR "amyotrophic lateral sclerosis” OR "Lou Gehrig*" OR
"multiple sclerosis")) AND (TITLE-ABS-KEY("bad news" OR (com-
municat®* W/4 diagnos®*) OR (deliver* W/4 diagnos*) OR "being
diagnos* OR (receiv* W[4 diagnos*) OR (giv* W/4 diagnos*)))

CINAHL:

(MH "Parkinson Disease/DI/ED/EI/NU/PF") OR (MH "Amyo-
trophic Lateral Sclerosis/DI/ED/EI/NU/PF") OR (MH "Multiple
Sclerosis/DI/ED/EI/NU/PF") OR (MH "Motor Neuron Diseases/DI/
ED/EI/PF/NU")

AND

(MH "Parkinson Disease/DI/ED/EI/NU/PF") OR (MH "Amyo-
trophic Lateral Sclerosis/DI/ED/EI/NU/PF") OR (MH "Multiple
Sclerosis/DI/ED/EI/NU/PF") OR (MH "Motor Neuron Diseases/DI/
ED/EI/PF/NU")

PsycINFO

(DE "Parkinson's Disease”) OR (DE "Amyotrophic Lateral
Sclerosis")) OR (DE "Multiple Sclerosis") OR (DE "Neurodegenera-
tive Diseases")

AND

(DE "Diagnosis") OR (DE "Medical Diagnosis") OR (DE
"Preferences”) OR (DE "Information Seeking") OR (DE "Health
Personnel Attitudes") OR (DE "Therapeutic Processes") OR (DE
"Neurologists") OR (DE "Client Satisfaction") OR (DE "Health
Service Needs") OR (DE "Neurodegeneration") (DE "Quality of
Care") OR (DE "Quality of Services") OR (DE "Client Attitudes").
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Abstract

Background: The communication of a life-changing diagnosis can be a difficult task for doctors with potential
long-term effects on patient outcomes. Although several studies have addressed the experiences of individuals with
motor neurodegenerative diseases in receiving this diagnosis, a significant research gap exists regarding
professionals’ perspectives, especially in the UK. This study aimed to assess UK neurologists’ current practice and
perspectives on delivering the diagnosis of a motor neurodegenerative disease, explore different aspects of the
process and detail the potential challenges professionals might face.

Methods: We conducted an anonymised online survey with 44 questions, grouped into four sections; basic
demographic information, current practice, the experience of breaking bad news and education and training needs.
Results: Forty-nine professionals completed the survey. Overall, participants seemed to meet the setting-related
standards of good practice; however, they also acknowledged the difficulty of this aspect of their clinical work, with
about half of participants (46.5%) reporting moderate levels of stress while breaking bad news. Patients' relatives
were not always included in diagnostic consultations and participants were more reluctant to promote a sense of
optimism to patients with poorer prognosis. Although professionals reported spending a mean of around 30-40
min for the communication of these diagnoses, a significant proportion of participants (21-39%) reported
significantly shorter consultation times, highlighting organisational issues related to lack of capacity. Finally, the
majority of participants (75.5%) reported not following any specific guidelines or protocols but indicated their
interest in receiving further training in breaking bad news (78.5%).

Conclusions: This was the first UK survey to address neurologists’ practice and experiences in communicating
these diagnoses. Although meeting basic standards of good practice was reported by most professionals, we
identified several areas of improvement. These included spending enough time to deliver the diagnosis
appropriately, including patients’ relatives as a standard, promoting a sense of hope and responding to
professionals’ training needs regarding breaking bad news.
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Background

Breaking bad news is a critical and distressing process
for patients but also an often stressful and challenging
task for clinicians [1, 2] Bad news in medicine refers to
‘any information likely to alter drastically a patient’s view
of his or her future’ (p. 1597) [3] such as the communi-
cation of the diagnosis of a potentially life-changing con-
dition. How a diagnosis is delivered can have a long-
term impact on patient outcomes such as treatment ad-
herence [1], psychological adjustment and involvement
in treatment decision making [4], understanding of the
condition [5] and satisfaction with care [6]. From the
doctor’s perspective, breaking bad news can be an emo-
tionally burdensome and intrinsically difficult task, with
factors such as time constraints, intercultural differences
in relation to diagnosis disclosure and lack of private
space making it even more challenging [7].

Most studies on the delivery of bad news have been
conducted within the field of oncology. However, the de-
livery of bad news can be a critical issue in other medical
specialties such as neurology. Storstein [8] argues that
when breaking bad news, neurologists deal with specific
challenges that relate to particular medical consider-
ations and the emotional aspects of neurological dis-
eases. In particular, several chronic neurological
conditions, such as Parkinson’s disease (PD), multiple
sclerosis (MS) and Huntington’s disease (HD), are incur-
able, have a progressive nature and impact both physical
and cognitive functions [8], while others, such as motor
neurone disease (MND), can also be more immediately
life threatening [9]. A scoping review of doctors’ and pa-
tients” perspectives on giving and receiving the diagnosis
of MND, MS or PD [10] revealed mixed results regard-
ing patients’ experiences and satisfaction with how diag-
nosis delivery was handled. The main factors which
contributed to negative patient experiences were the
often-limited duration of the consultation, inadequate
information provision and a perceived insensitive ap-
proach by the professional breaking the news. Moreover,
the review found a significant research gap on studies
addressing the physicians’ perspectives, which could
offer a better understanding of the doctor-patient inter-
actions at the time of the diagnosis.

The aim of this study was to assess UK neurologists’
current practice when delivering the diagnosis of a
motor neurodegenerative disease (MNDD), in particular
PD, MS, HD and MND. Currently, there are no UK
studies on this topic, the aim of the study was to explore
different aspects of the process, such as the setting, dur-
ation and challenges of communicating a diagnosis of
this nature. In addition, potential factors affecting prac-
tice and differences between delivering the diagnosis for
different conditions were also explored. As the results
are descriptive, no hypotheses were made.
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Method

The study was approved by both the authors’ host insti-
tution’s research ethics committee and the Health Re-
search Authority, a unified system for the governance of
health research in the UK.

The questionnaire used for this study was constructed
after a comprehensive review of the relevant literature
on breaking bad news and guidelines such as SPIKES,
the Six-Step Protocol for Delivering Bad News [11] and
the National Institute for Health and Care Excellence
(NICE) guidelines for the management of MND [12],
MS [13] and PD [14]. It was also largely based on the
questionnaire used by Aoun et al. [15] for a similar study
on neurologists’ experiences on delivering the diagnosis
of MND in Australia. The first draft of the survey was
reviewed by two practising neurologists for clarity and
relevance and adjustments were made based on their
comments.

The survey was hosted online on the Qualtrics plat-
form and was open for 2 years (from September 2018 to
September 2020). Eligible participants were medical pro-
fessionals, including specialist registrars, practising in
the UK who had experience in delivering the diagnosis
for at least one of the conditions included in the survey.
The survey comprised 44 questions grouped into four
sections; demographic information, current practice, the
experience of breaking bad news and education and
training needs (Additional File 1). It was completed an-
onymously, and questions were mainly closed with sev-
eral open-ended questions where participants were
asked to elaborate on their answers or provide any fur-
ther comments. Participants were recruited through the
Association of British Neurologists (ABN), other associa-
tions related to neurology or MNDDs and through col-
laborations with National Health Service (NHS) trusts.

Data from the closed questions were imported and
analysed in IBM SPSS 26 software package [16], using
descriptive statistics; means, standard deviations, range
and frequencies. In addition, qualitative data from the
open-ended questions of the survey were used to en-
hance, explain and expand the findings from the analysis
of the quantitative data. Respondents who completed
less than 50% of the survey (N <5) were excluded from
the study.

Results

Participants profile

Forty-nine professionals responded to the survey; 43
consultant neurologists, 4 neurology specialist registrars,
one consultant neuropsychiatrist and one clinical fellow.
Participants were mainly male (67%), almost half of
them were in the 41-50 age group (48%) and had a
mean of 10 years of experience (ranging from less than
one to 23: SD =6.8). Almost all participants mainly
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Table 1 Participants’ characteristics
Participants’ role:

Number of participants (%)

Consultant neurologist 43 (88%)
Neurology specialist registrar 4 (8%)
Consultant neuropsychiatrist 1 (2%)
Clinical fellow 1(2%)
Gender (one response missing)
Male 32 (67%)
Female 16 (33%)
Age (one response missing)
31-40 13 (27%)
41-50 23 (48%)
51-60 11 (23%)
61 or older 1(2%)
Experience in delivering the diagnosis
Parkinson'’s disease 44 (90%)
Multiple sclerosis 41 (84%)
Motor neurone disease 43 (88%)
Huntington’s disease 33 (67%)

practised in England, 5 participants mainly practised in
Wales and although all participants practised in the
NHS, 12 participants were also practising privately. See
Table 1 for a summary of participants’ demographics.

Diagnosis disclosure

Most participants had experience in communicating all
four diagnoses under review; 90% of professionals had
experience in breaking bad news for PD, 88% for MND,
84% for MS and 67% for HD. Most of the professionals
who had experience in delivering the diagnosis of HD
(73%) had only communicated 1-20 diagnoses, which
can be explained by the rarity of the condition and the
diagnosis of onset' of HD potentially being given mostly
in specialist clinics.

The vast majority of professionals (87%) reported always
disclosing the diagnosis for these conditions to the pa-
tients. Text comments highlighted that it would be ‘funda-
mentally unethical’ not to inform a patient of their
diagnosis. Participants believed that being honest and
transparent about the diagnosis helped with the manage-
ment of the condition and building a relationship with the
patient. However, some comments indicated that profes-
sionals would not disclose the diagnosis only when pa-
tients had clearly stated that they did not wish to know or
when the diagnosis was not definite and further investiga-
tion was required. Moreover, 30% of participants reported

'In this study we focused on the diagnosis of the onset of HD, the
start of the symptomatic stages of the condition, which can often be
years after confirmation of gene positive status
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that they would sometimes refer patients to other medical
professionals who would then deliver the diagnosis. Quali-
tative comments indicated that they would follow this ap-
proach when they were uncertain about a diagnosis or
they could refer to a specialist clinic.

Setting, time and people involved in the consultation
When asked about the setting of the consultation, 74%
of participants reported ‘always’ delivering the diagnosis
in a private space and 96% stated that ‘most of the time’
or ‘always’ the diagnosis was communicated without any
interruptions. In addition, 75% of professionals reported
always maintaining eye contact with the patient and 75%
arranged to have suitable seating at the same level as the
patient without a desk or barrier.

On average, professionals reported investing around
30 min for the delivery of the diagnosis for PD (M = 30,
SD =9.3), MS (M =28.7, SD =10.4) and HD (M =29.9,
SD =16.5) and 41 min (SD =26) for MND. However, a
considerable proportion of participants (21% for PD,
32% for MS, 39% for HD and 20% for MND) reported
spending 15 to 20 min for the diagnosis consultation and
30% of participants reported spending over an hour to
communicate the diagnosis of MND. More than half of
professionals (64%) believed patients were given enough
time to ask questions and express their emotions. How-
ever, across conditions, 58—-69% of professionals ‘some-
times’ needed more than one consultation to explain
these diagnoses and 23-35% ‘always’ needed more con-
sultations. One participant explained that diagnosis
communication was a more dynamic process, beyond
the diagnostic consultation:

‘I do not think that breaking the diagnosis is really a
one-off event (even if you had all the time in the
world), but rather a process that continues through-
out much of the time that you look after an individ-
ual as the disease and the patient’s relationship with
it often change as time goes on.’

Furthermore, 72% of professionals did not refrain from
giving a diagnosis at any specific time or day, and those
who did so explained that they avoided giving bad news
at a late appointment or before the weekend if the pa-
tient was not accompanied by someone and also before
patients’ birthdays or before holidays such as Christmas.

Regarding the involvement of other people in the con-
sultation, 60% of professionals stated that ‘most of the
time’ or ‘always’, patients were asked to bring someone
to the consultation, however 15% reported that patients
were not asked to bring someone. In addition, 53% of
participants ‘sometimes’ included other healthcare pro-
fessionals in the consultation and 19% ‘never’ did so.
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Content of the consultation / information giving

Almost all participants agreed that how the diagnosis
was reached (96%), treatment options (96%), the degree
of certainty of the diagnosis (92%) and the course/prog-
nosis of the disease (90%) were topics that should be dis-
cussed with the patient at diagnosis. Causes of the
disease (76%) and current research (63%) were also con-
sidered important topics to be covered. Additional com-
ments showed that neurologists also chose to discuss
other important topics, such as the family, hereditary
and legal implications of the diagnosis (e.g. driving), in-
formation on the support plan and other healthcare pro-
fessionals who would be involved in their care and
signposting to related charities and reputable sources of
information. In addition to oral information, 28% of pro-
fessionals ‘always’ provided patient-tailored information
in written form and 43% did so ‘most of the time’. Infor-
mation on local support groups and national charities
was ‘always’ shared by about half of the participants for
PD, MS and HD and by 67% of participants for MND.
When asked whether they promoted a feeling of opti-
mism when delivering a diagnosis, more respondents
reported ‘probably’ or ‘definitely’ promoting hope in PD
(91%) and MS (90%) than HD (39%) and MND (31%).

Personal experiences and challenges in breaking bad
news for MNDDs
Regarding the perceived difficulty of diagnosis commu-
nication for these conditions, 54% of participants be-
lieved that it was ‘definitely’ and 23% that it was
‘probably’ a difficult task for the physician. Most profes-
sionals (74%) agreed that being honest without taking
away hope was the most challenging part of communi-
cating the diagnosis of MNDDs, followed by spending
the right amount of time (47%). Dealing with the pa-
tient’s emotional reaction (25%), involving the family of
the patient (14%) and involving the patient or family in
decision making (12%) were considered difficult by fewer
participants. When asked about how often they faced
several potential barriers during a breaking bad news
consultation, professionals reported that fear of causing
distress (32.5%), excessive workload (32.5%) and per-
ceived lack of time (30%), were among the most often
experienced barriers, which they faced ‘most of the time’
or ‘always’. Conversely, fear of the ‘messenger getting
blamed for bad news’ and lack or insufficient training in
breaking bad news were not often experienced as bar-
riers. In addition, 46.5% of respondents reported experi-
encing moderate and 9% reported high to very high
levels feelings of stress and anxiety during the delivery of
these diagnoses, while only 12% reported not experien-
cing such feelings at all.

Overall, most professionals (61%) believed they were
‘good’ at communicating the diagnosis of a MNDD, 23%
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assessed themselves as ‘very good’ and none thought
they were ‘poor’ at it. For PD and MS, more than half of
the respondents were confident to very confident (63%)
that patients left the consultation having taken in all the
information relevant to them at that point. However, for
the case of HD and MND, 61 and 58% of professionals
respectively were ‘not sure’ to ‘really not confident’ that
patients had taken in all the relevant information. In
general, 81% believed patients were ‘somewhat satisfied’
to ‘very satisfied’” with how the diagnosis was delivered.

Strategies and training on breaking bad news

In the last part of the survey, participants were asked to
report on the strategies they employed and the training
they had received in breaking bad news. Most profes-
sionals (75.5%) reported not following any specific strat-
egy or best practice guidelines when delivering an
MNDD diagnosis. Those who did explained that they
followed NICE guidelines and were familiar with re-
search on best practice and breaking bad news. Most
professionals (83%) had received some kind of training
on breaking bad news, either as a part of their formal
education, clinical training or by sitting in with other cli-
nicians who broke bad news. Qualitative comments also
showed that respondents had learnt how to break bad
news through experience, advanced communication
skills training and generic training on breaking bad
news, although the latter had focused on cancer. Around
31% had received no training in techniques of respond-
ing to patients’ emotions and, for those who had, they
reported having received such training as a part of their
degree or developed these skills through experience and
observing others breaking bad news. Finally, most partic-
ipants (78.5%) were somewhat to very interested in re-
ceiving further education on breaking bad news and on
techniques for how to respond best to patients’ emo-
tional needs.

Qualitative comments

Most qualitative comments given by participants were
related to the challenges of communicating the diagnosis
of an MNDD. Two common issues for professionals
were related to limited consultation times and the lack
of capacity to schedule a follow-up with the patient soon
after diagnosis with some follow-up appointments
booked for even 15months post-diagnosis. Therefore,
especially in general neurology clinics, participants had
to cover many different topics in one single consultation,
although the official time slot allocated for the appoint-
ment was not long enough:

‘Given current waiting lists for some of my movement
disorders clinics, it may be 9 months before I next
see a newly diagnosed PD patient. I therefore not
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only have to explain the diagnosis, pathogenesis, and
treatment options but also explain the treatment
plan and contingencies for possible hiccups to cover
a ridiculously large period of time in (officially) fif-
teen minutes. Is it any surprise my clinics (overruns)
by several hours.

‘Insufficient time for vast amount of information to
be usefully imparted. Pregnancy discussions alone
merit a full consultation.

Conversely, a participant who was also practising pri-
vately reported that they could ‘see patients again within
a week to go over questions and discuss treatment plans
once dust has settled’.

Several professionals talked about this lack of capacity
as ‘a service delivery issue’, which, apart from limited
consultation time, involved insufficient access to nurses
and administrative staff who could coordinate these ap-
pointments: ‘Someone (is needed) to coordinate (the)
pathway so everything (is) available at consultation: rela-
tive, nurse, info etc.’. Specialist clinics seemed to be able
to offer a better service, however one participant com-
mented that referrals were not always possible when
there were no specialist services locally.

Apart from organisational factors which affected their
practice, professionals addressed how various illness and
patient-related factors could affect their diagnostic prac-
tice. Diagnostic and prognostic uncertainty were com-
mon issues for participants delivering MNDD diagnoses.
One person highlighted feeling ‘pressured’ by patients to
give a diagnosis, even though they had not reached diag-
nostic certainty. Similarly, it was not always possible to
share prognostic information, for example regarding the
rate of progression and the potential level of future im-
pairment. In addition, it was often commented that the
lack of curative treatments made breaking bad news
more difficult, especially when patients were initially un-
aware of the incurable nature of their condition. How-
ever, being able to offer symptom management for PD
and disease modifying treatments for MS made the
process of diagnosis delivery more positive.

On an emotional level, professionals reported several
patient-related factors that made breaking bad news
more challenging:

‘At times a patient’s situation particularly resonates
and this can be emotionally draining on the
clinician.’

Participants mentioned several cases that were particu-
larly challenging, such as delivering a PD diagnosis to
young people, delivering an MS diagnosis to young
women who wanted to have children (‘shattering hopes’),
delivering an HD diagnosis to people with children or
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delivering the diagnosis of MND to a patient who was
presenting rapid progression or with already advanced
symptoms at diagnosis. One professional used the word
‘despondency’ to describe how they felt when delivering
such diagnoses.

Discussion

This is the first UK survey study to address doctors’
practice and experiences in communicating the diagno-
sis of an MNDD.

Generally, participants seemed to meet the setting-
related standards of good practice [11] in breaking bad
news by communicating the diagnosis in a private space,
avoiding interruptions, arranging suitable seating and
maintaining eye contact with patients. Regarding involv-
ing other people in the consultation, there was room for
improvement since only 21.3% of professionals always
asked patients to bring someone in consultation, 38.3%
did so most of the time and 15% never did. One partici-
pant highlighted the fact that asking a patient to bring
someone with them might act as a warning and could
also increase their distress prior to the consultation and
affect how much information they could absorb. How-
ever, although involving patients’ relatives in a diagnostic
consultation can be a challenge for healthcare profes-
sionals, they can offer emotional support, serve as the
patient’s advocate and receive important information
they will need if they act as the patient’s primary care-
givers [17, 18]. Moreover, several MNDDs guidelines
specifically recommend or imply that, with the patient’s
agreement, their support network should be present at
diagnosis [12—-14, 19].

Consultation duration reported by professionals in this
survey was not always optimal and qualitative comments
showed that organisational factors affected how much
time they could invested for diagnostic consultations.
Participants reported spending a mean of around 30 min
to deliver the diagnosis of PD, MS and HD and 41 min
for MND, however there was a considerable percentage
of professionals (20-39%) who reported spending 15-20
min. The latter falls short compared to the European
Federation of Neurological Societies (EFNS) recom-
mended guideline of 45 to 60 min for the diagnosis of
MND [19], however there are no published guidelines
on consultation times for the other MNDDs. These find-
ings correspond with both UK [20-22] and international
[23-27] MNDD patient studies which have reported
short consultation times that often led to patient dissat-
isfaction. Even though participants in this study reported
sharing information on how the diagnosis was reached,
the impact of the condition on patients’ lives and their
care plan, they still believed patients left the consultation
not having taken in all information relevant to them at
the point of diagnosis, especially for the case of MND

393



Anestis et al. BMC Neurology (2021) 21:34

and HD. This is possibly linked to limited consultation
times or, as one participant noted, due to patients’ state
of shock which affects how much information they can
absorb. Professionals reported that they would often
need more than one consultation to fully deliver the
diagnosis. However, this is challenging since, particularly
for PD, qualitative comments highlighted issues related
to lack of capacity to book early follow-ups with some
consultations being booked even 15months post-
diagnosis.

Most professionals agreed that diagnosis communica-
tion for MNDDs was a difficult task and being honest
without taking away hope was the most challenging as-
pect of the consultation, a challenge which has also been
reported by Aoun’s survey of neurologists in Australia
[15] and professionals working in other medical special-
ties such as oncology [7]. Participants in this study re-
ported being particularly reluctant to promote a feeling
of optimism when delivering the diagnosis of HD and
MND. As some qualitative comments suggest, this could
be associated with the poor prognosis for these condi-
tions, however EFNS guidelines for MND [19] encourage
professionals to discuss reasons for hope, such as on-
going research, drug trials and the variability of the dis-
ease and specifically advise against not providing hope
during diagnosis. It should also be noted that providing
hope is not always analogous to indicating the possibility
of a cure. Hope can be generated for the optimal man-
agement of the condition, in whatever form that has to
take. Instilling hope therefore can take many forms and
is an important aspect of the patient’s rehabilitation [28].
Feelings of hopelessness in people with MND have been
reported to be more strongly correlated to quality of life
than their physical functioning [29] and dissatisfaction
with information delivery can negatively influence pa-
tient’s sense of hope [30]. Moreover, a review by Clayton
et al. [31] showed that although most patients ap-
proaching end of life prefer honest and accurate infor-
mation, they are also able to maintain a sense of hope.
The review suggested that healthcare professionals
should recognise and foster different and realistic forms
of hope relevant to the particular patient and their fam-
ily by carefully assessing patients’ information prefer-
ences and emphasising on what can be done for them.

Participants in this survey were also asked about the
emotional aspects of delivering the diagnoses of
MNDDs. More than half of professionals reported that
they experienced moderate to high levels of stress during
diagnosis delivery. This finding is supported by a review
of studies that used self-report and psychophysiological
measures and showed that during the communication of
bad news, doctors experienced moderate levels of stress,
with stress reactions lasting for hours or even days after
the diagnosis [32]. The experience of stress could
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potentially be linked to participants reporting ‘perceived
lack of time’ and ‘fear of causing distress” as the barriers
they often experienced while breaking bad news and
qualitative comments indicating that diagnosis delivery
could sometimes be emotionally ‘draining. Despite the
emotional toll of breaking bad news, dealing with pa-
tients’ emotional reactions did not seem to present a
particular challenge for the participants of this survey.
However, studies of patients with MNDDs have shown
that patients are often dissatisfied with the lack of em-
pathy shown by doctors during diagnosis delivery [10].
The seemingly contradictory finding here in that partici-
pants in this survey reported strong competency in this
domain could either be attributed to participation bias
(see limitations below) or different views and expecta-
tions between patients and professionals regarding the
emotional aspects of the consultation.

Finally, most participants in this study reported not
following any specific strategy or guidelines when deliv-
ering an MNDD diagnosis. Although step-wise protocols
for breaking bad news have been criticized for poten-
tially focusing more on the process than the people in-
volved, their contribution to the medical practice and
their emphasis on empathy and individualised informa-
tion provision is acknowledged [33]. Despite their use-
fulness, these protocols, such as SPIKES [11], have been
developed and have mostly been used within oncology
settings. In addition, when it comes to MNDDs, only
EFNS [19] and NICE MND [12] guidelines adequately
addressed the topic of diagnosis delivery, while, for the
other conditions, guidance was mostly limited to what
kind of information to impart at diagnosis and we found
no guidelines for HD. This could partially explain why
most participants did not follow any specific strategies
when breaking bad news for MNDDs. However, most
participants in the survey indicated their interest in re-
ceiving further training on breaking bad news and
responding to patients’ emotions.

Implications for research and practice

This exploratory survey highlighted several aspects of
diagnosis delivery for MNDDs which could be improved.
Limited consultation times and inability to offer early
follow-ups were often reported by participants as factors
that hampered optimal diagnostic communication. This
is potentially linked to staff shortages in neurology, ser-
vices constraints and the NHS in general being under
strain but highlights the need for organisational changes
which acknowledge the importance of diagnosis delivery
consultations for MNDDs. Beyond longer consultations,
there is also a need for early follow-ups so the profes-
sional can provide all the relevant information and the
reassurance that patients and their families need at diag-
nosis and will also provide the opportunity for patients
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to express their emotions, prepare questions and make
informed decisions regarding their care [34]. When
faced with limited consultation times at diagnosis, pro-
fessionals should make sure that they provide tailored
information to each patient, written information about
their condition, discuss their plan of care, reliable
sources of information and support and ensure an early
follow-up, usually with a specialist nurse. Data from our
survey also showed that, despite recommendations, pa-
tients were not routinely advised to bring someone to
the consultation. It would be worth exploring whether
this varies among conditions and what factors influence
this policy. However, we suggest that for the diagnosis of
all MNDDs, patients are always given the option to be
accompanied by someone. Moreover, it is recommended
that, when it would not cause serious diagnostic delay,
doctors should avoid delivering the diagnosis before na-
tional holidays or important events for the patient,
building on the good practice reported by the majority
in this survey.

Regarding professionals’ manner of delivering these
diagnoses, our findings suggest that participants were re-
luctant to provide a sense of hope to patients with MND
or HD. Despite the severe life-limiting and threatening
nature of these conditions, professionals should still try
to explore and enhance patients’ own concepts of hope
and share information which could be deemed as posi-
tive [31], such as providing reassurance for effective
symptom management and long-term support by a
multi-disciplinary team. This is a topic where more re-
search and development of training would be particu-
larly useful in order to explore professionals’ working in
neurology concepts of hope and how these affect their
practice of breaking bad news. Professionals in this sur-
vey reported moderate levels of stress when communi-
cating an MNDD diagnosis, they acknowledged the
difficulty of the task and briefly discussed the emotional
aspect of being the bearer of such bad news. Further
qualitative research on professionals’ lived experience of
communicating these diagnoses would help develop a
deeper understanding on their perspectives and how
they cope with giving these diagnoses on an emotional
level. Exploring the opportunity for psychological input
and the involvement of a multidisciplinary team in the
process of breaking bad news would also be beneficial.
This knowledge would be useful for developments in
the design of medical education in neurology, ad-
equately supporting professionals with this challenging
task and eventually improving the patient experience.
In addition, although diagnosis delivery is a critical
milestone in patients’ care, future research could also
address other forms of breaking bad news in MNDDs
such as the initiation of discussions around advanced
directives.
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Finally, most participants in this study indicated an
interest in receiving further training in breaking bad
news and reported low familiarity with published proto-
cols of best practice. Professionals are encouraged to fa-
miliarise themselves with such protocols and best
practice guidelines for breaking bad news which could
be incorporated as a part of their training. Even though
the SPIKES protocol [11] was initially developed for use
within oncology, some data indicate its relevance for use
within neurology. In particular, MND patients were
more likely to judge neurologists’ skills as ‘above average’
when they delivered the news in a way that resembled
the steps described in SPIKES [35]. Nevertheless, further
research incorporating both professionals’ and patients’
and families’ needs and perspectives could help develop
more tailored guidelines for neurology.

Limitations

The survey’s relatively small sample size (N =49) could
be considered one of the study’s limitations. However,
the recent ABN’s Neurology Workforce Survey [36]
identified a serious lack of UK neurologists within the
UK, with the second lowest number of neurologists per
head of population in Europe. It is estimated that 958
are practising in the UK [37] and although 84% of them
run general neurology clinics [36], not all of them will
deliver the diagnosis for the conditions included here. In
addition, recruiting NHS healthcare staff in health re-
search has been increasingly difficult due to often severe
staff shortages and pressure being placed on clinicians
[38]. Ultimately, this is a descriptive survey which gave
the opportunity to these professionals to report on a sig-
nificant aspect of their clinical practice and, through
qualitative comments, discuss how it has been affected
by the current NHS climate. Moreover, the results of
this survey could be affected by participation bias. In
particular, it is likely that most people who completed
the survey were interested in the topic [39], and thus po-
tentially better at breaking bad news and acknowledging
the complexity of the task, and thus the findings may

not be entirely representative of all neurology
professionals.
Conclusion
Medical professionals delivering the diagnosis of

MNDDs are faced with the challenge of communicating
effectively, but also sensitively, being honest, but also
providing a sense of hope. This was the first survey in
the UK to address neurologists’ practice and experiences
in communicating these diagnoses. It was clear that for
participants of this survey giving such bad news was an
intrinsically challenging and stressful task which became
even harder due to long waiting times for appointments
in neurology and limited consultation times. Participants
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reported often spending a sub-optimal amount of time
for these diagnostic consultations and discussed how the
incurable nature of MNDDs, the uncertainty about the
rate of disease progression and the, occasionally, young
disease onset made such diagnostic consultations more
challenging. Nevertheless, participants in this study
showed signs of good practice regarding the setting of
the consultation and providing appropriate and honest
information at diagnosis. Apart from time restrictions
and issues related to capacity, this study highlights other
areas of improvement such as including patient’s family
routinely in the appointments and providing some sense
of hope even for conditions with a poor prognosis. Par-
ticipants also reported low familiarity with breaking bad
news protocols and best practice guidelines but also in-
dicated an interest for further training in this domain.
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Appendix 3

Survey questionnaire

Surveyv questions

Sociodemographic information

Q1 What is your gender?

Male
Female

Other

Q3 Are you a consultant neurologist or a specialist registrar?

Consultant neurologist
Neurology specialist registrar

Other (please specify)

Q2 Please indicate your age

Under 30

31-40

41-50

51-60

61 or older

Q4 If you are a consultant neurologist, how many years have you been

practising?

398



Q5 In which part of the UK are you mainly currently practising? (tick all that
apply)

England
Scotland
Wales

Northern Ireland

Q6 Practice sector (select both if both apply)
NHS

Private practice

General questions about giving a diagnosis for motor neurodegenerative diseases

Q7 For which of the following conditions have you given a diagnosis before? Tick
all that apply

Parkinson's disease (PD)
Multiple sclerosis (MS)
Huntington's disease (HD)

Motor neurone disease (MND)
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Q8 Approximately how many diagnoses for these neurological conditions have
you communicated so far?
1-20 21-50 51-100 more than 100

PD

MS

HD

MND

Q9 Do you tell someone with a neurological condition their diagnosis?

In most In some .
Always Justin part Never
cases cases

PD

MS

HD

MND

Q10 Please state the reason(s) for your answer above
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Q11 What would be the average length of time between your first clinical consultation with the
patient and the delivery of the diagnosis?

Months OR Weeks

PD

MS

HD (when genetic status was
unknown)

MND

Q12 On average, how long is the consultation when you deliver a diagnosis?

Minutes
PD
MS
HD
MND
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Q13 Do you ever require more than one consultation to fully explain the
diagnosis?
Always Sometimes Never

PD

MS

HD

MND

Q14 If you do, please indicate the reasons you would require more consultations.

Q15 Do you ever refer patients to a different physician or service, who will then
deliver the diagnosis of a neurological condition (e.g., the patient's GP)

Yes (please indicate on which occasions and for which of the conditions
we are focusing on)

No

Q16 Is it your service's policy to ask the patient to bring someone to the
consultation?

Always

Most of the time
About half the time
Sometimes

Never
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Q17 How often do you include a nurse or another health care professional in the
consultation?

Always

Most of the time
About half the time
Sometimes

Never

Q18 Do you refrain from giving a diagnosis at any specific time or day?

Yes (please specify)

No

Q19 When you first give the diagnosis, which of these clinical aspects do you
consider should be discussed with the patient? (Tick all that apply)

How the diagnosis was reached

The degree of certainty of the diagnosis
The course/prognosis of the disease
Possible causes of the disease
Treatment options

Current research

Other (please specify)
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Q20 How often do you deliver the diagnosis in a private space? (e.g in a
consulting room)

Always

Most of the time
About half the time
Sometimes

Never

Q21 How often do you communicate a diagnosis without any interruptions?

Always

Most of the time
About half the time
Sometimes

Never

Q22 Do you maintain eye contact with the patient?

Always

Most of the time
About half the time
Sometimes

Never
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Q23 Do you arrange to have suitable seating at the same level as the patient and
without a desk or barrier?

Always

Most of the time
About half the time
Sometimes

Never

Q24 Do you promote a feeling of optimism when delivering a diagnosis?

Definitely Probably Might or Probably Definitely
yes yes might not not not

PD

MS

HD

MND

Q25 When talking about treatment, do you enable the patient to express their
personal needs and preferences?

Always

Most of the time
About half the time
Sometimes

Never
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Q26 Do you believe patients are given enough time to ask questions and express
their emotions?

Definitely yes
Probably yes
Might or might not
Probably not

Definitely not

Q27 In addition to copying the patient to the standard mails that are sent to their
GP, do you provide any other information tailored to their case in written form?

Always

Most of the time
Occasionally
Seldom

Never

Q28 How often do you share information about local support groups and
national charities?

Most of the  About half .
Always . . Sometimes Never
time the time

PD

MS

HD

MND
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Q29 Do you initiate a follow up communication and support plan following

giving the diagnosis?
Always
Most of the time
Occasionally
Seldom

Never

Q30 On average, how soon after giving the diagnosis would you follow up the

patient?

WEEKS OR

MONTHS

PD

MS

HD

MND

Experiences of breaking bad news

Q31 Do you think delivering the diagnosis for the conditions discussed is a

difficult task for the physician?

Definitely yes
Probably yes
Might or might not
Probably not

Definitely not
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Q32 What is the most difficult part of communicating the diagnosis for these
neurological conditions? (Please tick all that apply)

Being honest but not taking away hope

Dealing with the patient’s emotion (e.g. crying, anger)
Spending the right amount of time

Involving the family of the patient

Involving patient or family in decision-making

Other (please specify):

Q33 How would you asses the stress and anxiety you experience during the
delivery of a diagnosis of this nature?

None
Slight
Moderate
High

Very high

Q34 Research has shown that there are several potential barriers a physician
might face during a breaking bad news consultation. Based on your experiences,
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please indicate how often, if ever, the factors listed below affect the way you
deliver the diagnosis for a neurological condition.

Fear of the messenger getting
blamed for bad news

Fear of causing distress

Fear of not having all the
answers

Fear of being asked difficult
questions

Patients/relatives being non-
receptive or challenging

Lack of/insufficient training in
breaking bad news

Perceived lack of time

Excessive workload

Information flaws within the
service (e.g not having all
patient's files/tests available)

Sometimes

About half

the time

time

Most of the
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Q35 Please outline any specific challenges when communicating the diagnosis,
associated with the particular clinical nature of these conditions (e.g. lack of an
effective treatment, different types of MS etc.)

PD

MS

HD

MND

Challenges

Q36 Please rate the level of difficulty in the different aspects of delivering the

diagnosis below

Finding enough
time to deliver
the diagnosis

Responding to
patient's
emotions (crying,
anger, disbelief)

Evaluate the
patient's
preferences
about the
amount and
nature of
information they
want

Not at
all
difficult

A little bit
difficult

Somewhat
difficult

Difficult

Very
difficult
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Q37 In general, how would you self-assess how well you communicate the news
for a motor neurodegenerative condition?

Very good
Good
Fair

Poor

Very poor

Q38 How confident are you that patients leave the consultation having taken in
all the information relevant to them at that point?

PD

MS

HD
MND

Q39 In general, how satisfied do you think your patients are with the way the
diagnosis is delivered?

Very satisfied

Somewhat satisfied

Neither satisfied nor dissatisfied
Somewhat dissatisfied

Very dissatisfied

Education and Training needs
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Q40 Have you had any specific education or practical training for giving a motor
neurodegenerative disease diagnosis?

No training

Part of degree/formal education

Clinical training post qualification

Sat in with clinicians in breaking bad news interviews

Other (please specify):

Q41 Have you had any training in the techniques of responding to patients’
emotions?

No training

Part of degree/formal education

Clinical training post qualification

Sat in with clinicians in breaking bad news interviews

Other (please specify):

Q42 Do you follow any specific strategy or best practice guidelines when
delivering a motor neurodegenerative disease diagnosis?

Yes (please specify)

No
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Q43 Would you be interested in receiving further training/education in breaking
bad news and techniques of responding to patients’ emotions to this news?

Very interested
Somewhat interested

Not interested

Q44 Are there any other comments you would like to make regarding the topic
in general or the survey questions?
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Appendix 4

Supplementary Material for PP3

Interview Guide

Question

Prompts

Can you tell me how you have come to work in this context and

this line of work?

How long are you in practice? How old are you? Where

were you trained?

What are your experiences with communicating with patients

in this context in general?

How important do you think communication with the

patient is?

How long after the patient receives their diagnosis will they

usually get an appointment with you?

At this point, how have patients usually dealt with the

bad news they received?

At this initial appointment you have with the patient post-
diagnosis, are you involved into tasks that could be considered

bad news breaking? If yes, can you talk to me about it.

Have patients fully understood their diagnosis and
treatment options at this point? If not, do you provide
them relevant information?

What kind of conversations with patients do you
consider to be difficult conversations?

How do you feel when you have to provide information

that could be perceived as bad news or cause distress?

How do you provide support to newly diagnosed patients with

motor neurodegenerative conditions?

How do you help patients cope with their diagnosis?
How do you respond to patients’ emotional reactions?

Are patients willing to receive support at that time?

How do you feel about this aspect of your clinical work? (I
mean breaking bad news and supporting newly diagnosed

patients with motor neurodegenerative conditions)

What are your views on the difficulty of this task?
What are some positive aspects of this task?
How do you manage your own emotions when

conversations are difficult?

What are the most challenging aspects of working with newly
diagnosed patients with motor neurodegenerative diseases

and engaging in breaking bad news tasks?

Do you always have enough time and a private space for
your appointment with these patients?
How do organisational factors affect how you provide

support at this point? (either helpful or obstructive)
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What do you do when you feel that you cannot answer

some of the patients’ questions?

What kind of education and training have you received on | Have you received training specifically for breaking bad
communication with patients? news?

Would be interested to receive further training on
breaking bad news and supporting newly diagnosed

patients?

Additional participant quotations

Theme 1

‘Especially, as someone who has passed from pillar to post and took a long
time to get into any support at all or there's been...problems with getting from the
GP to the neurologists, so there's been a long...people can come in very “bristly” [...]
and I might be the first health professional they are seeing when they 've had the
opportunity to just go, you know, let off some steam. [...] - Often, I am the first
opportunity for them to say, to express dissatisfaction with how long things have

taken.” (Participant 6)

‘They normally come in afraid, withdrawn, scared and I think 90% of the
patients that come in, you know, the main, I'm not being nasty or... but sometimes
doctors can be, you know, more kind of blunt, if that makes sense, and give the

diagnosis more matter of fact.” (Participant 14)

‘1 do come across clients that come to the centre who are very angry with the

way that the news has been delivered. And sometimes that's for good reason, for
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people that were told when they were on their own, for people upset because a GP

has told them over the phone or they 've opened up a letter.” (Participant 5)

‘A difficult aspect is dealing with the ‘aftermath’ when the bad news of the

diagnosis has not been broken well.” (Participant 7)

‘You're trying to hold a neutral ground, if that makes sense. You want to give
the person some space to talk about what they've been through and you want to
empathise with that, but you also want to hold, hold some neutral territory, because

they might need to go back to see that clinician again in the future.” (Participant 13)

‘Talk to that person, take that time, answer their questions, try to use the

right communication skills to de-escalate, re-assure them.’” (Participant 6)

‘So, some consultants, one in particular doesn't even tell his patients that
there is a Parkinson's nurse...Or tells some of them, I get intermittent referrals from
him. [...] So, some people say they've been told, you 've got Parkinson's go...and try
and do what you can, the medication is worse than the symptoms...I 've had people
actually said have that said to them... people terrified then of going on medication.’

(Participant 6)

‘So, when you come to see them, you know, they've had a good rapport with
the consultant that they're gonna see |[...] they ask you questions, it makes quite an
easy sort of visit that you can ask them things as well.” (Participant 7)
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Theme 2

‘What patient questions can lead to difficult conversations?’ (Interviewer)

‘When people ask what to expect in the future, or maybe 'when people's
expectations of their degenerative conditions, maybe they don't have realistic
expectations'. Some people don't process the fact that they are going to get worse
and think that they will always stay independent even when that is not realistic.’

(Participant 16)

‘It’s a bit, like, imagine like a seed, you know they're given the seed by the
genetic counsellor but then the seed unpacks, you know, it starts to grow and it takes,
out of that seed, grows a plant, you know, a huge, huge plant and there's so much in
that seed. So, the point where we get involved initially, usually they're trying to cope
with the initial news and an awful lot of what they've been told might be forgotten,
not going in, they might be scared to ask questions about it, they might be burying
their head in the sand about it. [...] It's just a process of helping them through
absorbing the magnitude of what's in that seed, so in that sense that's what we do,
we unpack the bad news I suppose and it's, it's practical implications for their lives.’

(Participant 9)

‘Depending on how we're talking about bad news, because we wouldn't be
involved in giving any diagnostics, but we may be involved in actually helping the
person to understand the implications of their diagnosis.” (Participant 11)
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‘I think we have to say you 're always gonna be, you 're never gonna be as if
you never got this condition, you 're always going to be a bit more stiff, more slow,

not everyone responds as well to the medication.’” (Participant 6)

‘You know, people have just had this horrible diagnosis and have physical
symptoms or speech problems to then think, that I might be discovering another

problem, I think it's quite hard for some people.’ (Participant 8)

‘And I think it's also introducing where appropriate, direction for the future,
so we will, I will be opening up conversations about gastrostomy and I will be
opening up conversations about non-invasive ventilation, I will be opening up
conversations about linking-up with palliative care and, you know, possibly end of
life conversations as well. There’s so much misinformation available so, I have to
provide some direction, but breaching that initial palliative discussion, I think yes,
that can be quite, quite hard. I suppose I have quite long experience of working with
people and, and perhaps passing difficult information across to them, but [ don't, you

never get used to this, it can be really tough.’ (Participant 10)

Theme 3

1 think it's really important to be honest, because if a patient asks you a

question and you give them a fake, you know, an answer that's not clear and honest,
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they will not trust you to come back in the future and give them the right answers.’

(Participant 4)

‘they (patients) might forget the news itself, but they will never forget the

way they were told the news’ (Participant 19).

‘So, you have to be able to... phrase your answers in a way that, won't scare

them but is honest.” (Participant 4)

‘I suppose whatever bad news that we deliver, about the illness, about the
future, we try and wrap it up with hope and there's things like, with this illness
(MND), it's almost always a very slow development, so there's not gonna be a sudden
change of symptoms overnight, they won’t deteriorate in one area really, really
quickly, that's, that's likely and when you do deteriorate, we've got treatments, we
got things, we can't stop the illness but we can, you know, help with the symptoms
and we got medications, we've got things that physiotherapists and speech and
language therapists and dieticians can do to make life easier. Erm and there's
research going on, you can tell them about the research and the hope that that's
providing. (Participant 9)

‘There's this kind of line between giving hope, but not giving too much hope.’

(Participant 9)
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‘It is difficult because you don't know them, yes it easier when you 've formed
a bit more of a relationship with some of the, because you know how to read them.
So, the question you think they 're asking, might not necessarily be what they are
asking. So, I mean that's where a lot of counselling skills come in, kind of reflecting
back. Right you 're saying this...is this what you need? In which case I will give you
this bit of information. But, it's, it's double-checking that they do want the bare facts

and not just, you know a quick reply.’ (Participant 3)

‘It's difficult because if you get it wrong in the early stages, it can affect, you're
trying to establish engagement and a relationship with somebody to build upon. So,

if you get it wrong in the early stages it can backfire.’ (Participant 9)

‘I suppose it's a part of our job, finding ways to give back that feedback in a
way that people can leave the room still feeling like there's a plan and there's
something that we can do, even if the results are not what they wanted or hope. You
know, they can still feel like there's something we can be working on, there's some
sort of plan around that and I suppose you just want to get it right for them, really,

you don't want them to be in any more risk.” (Participant 13)

Theme 4

‘It depends on the medication, but [ am explaining all their options depending
on their MRI and I'm helping them make an informed choice on when to plan to make
a family.” (Participant 14)
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‘You know, having met people who have just been given a diagnosis, you have
to support people to make some really difficult decisions around giving up work,
giving up driving, being able to manage, you know, personal care, before their

condition progresses even more.” (Participant 11)

‘We're trying to give them as much control as possible, cause a lot of them
obviously have lost a lot of control, so we say to them, you know, 'it's... nobody's going
to force our service on you, we will give you as much or as little as you want, you can

nip in and out.' (Participant 9)

‘And holding on to something, whether it's the way they dress or the music
they listen to or what they 're interested in, trying to enable them to keep those things
going is so important. [...] I try to make their lives have some meaning and for it not
to be just about the death because I try to encourage them to try...try to make them

live the rest of their lives, try to help them live the rest of their lives.’ (Participant 4)
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Coding example

Transcript excerpt

Codes

I: So, at this initial appointment, you have with the patient, are you involved into tasks that could be

considered bad news breaking?

P: Well...yes, sort of, because often, I may be asked, so 'why am I no eligible for a disease-modifying
drug?’, you know. And it may be because, ‘well these disease-modifying drugs tackle relapse and you
have a form of MS that doesn't have relapse, therefore, that drug is of no use to you’. And sometimes
that is accepted as alright, ‘well I understand now, that makes sense’ and other times that's taken as,
you know, the final blow, ‘really, I 'm not ever gonna get that drug?’, you know. And it takes away
that little bit of hope that someone once somewhere along the line had made the mistake and they

are going to get this drug, that's difficult.

I: How do you react when this happens? When they get devastated by this...

P: So, erm what we have to do then is let that sink in and then see, so for the part of the disease that
everybody has, the progressive part, here's where we come in, ‘whether you 've got relapse and
remitting or secondary progressive, primary progressive, what we are looking at here is getting you

involved in the strength and balance class, in the mindfulness class, in the fatigue management class,

Clarifying patients’ misconceptions regarding their
eligibility for DMTs

Explaining the nature of a diagnosis

Explaining ineligibility for DMTs could be accepted by
patients or completely shatter their hope

Dealing with patients’ expectations who have been
misinformed

Giving patients time for the bad news to ‘sink in’

Providing information on what can be done for the patient
to help manage both the physical and psychological impact
of MS

Explain the importance of self-management despite the
incurable nature of MS
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then’, you know, ‘yoga, pilates’. We explain that whilst there's not a drug, there are other ways to

self-manage this disease.

I: So, you tell me that not all patients, when they come to see you, have fully understood their

diagnosis and treatment options?

P: Oh yeah, that's the case, yeah. And sometimes people come and they don't actually know what

type of MS they have.

I: Do they share their experiences of how they received the news with you?

P: Yeah... I think there are different categories. So, I do come across clients that come to the centre
who are very angry with the way that the news has been delivered. And sometimes that's for good
reason, for people that were told when they were on their own, people might be upset because a GP
has told them over the phone, they 've opened up a letter... | would say by far, the vast majority have
had an inkling that there's something significantly wrong and that the news they get is news that
they don't want to hear but they're not that surprised, they are devastated but they are not shocked.
But there is a lot of anger, a lot of grief, a lot of frustration, particularly if, erm, you know I had one....
I had one young woman who's been saying for years there's been something radically wrong with
her and she was then transferred to, erm, psychology, erm, for, health anxiety, and her husband -
now bear in mind this is a young couple-, erm, her husband, was saying look, there's nothing wrong,

you've had all the tests... And then there was a significant incident, and she was rushed into hospital

Newly diagnosed patients might lack a basic understanding
of their diagnosis

Patients might express their anger towards an insensitive
diagnostic experience

Although devastated, most patients are not shocked because
they knew there was something wrong with their health

Listening to patients’ illness journeys even before receiving
their diagnosis

423



and it turned out that she had multiple lesions and that she was right, there was something wrong.

And, so therefore, she was very mistrustful then.

Patient mistrust caused by diagnostic delay and not having
her symptoms validated for years

Themes and relevant codes

Theme Codes

Dealing with the diagnostic aftermath Listening to patient stories of bad diagnosis delivery

Allowing patients to express their anger or frustration caused by the diagnostic delay

Allowing patients to express their anger or frustration caused by sub-optimal diagnostic

experiences

Empathising with patients who had negative pre-diagnostic/diagnostic experiences

De-escalating the situation - holding a middle ground between patients and doctors

Acknowledging the time restrictions faced by neurologists

Unpacking the diagnosis Newly diagnosed patients have not always understood their diagnosis

Re-iterating diagnostic information

Managing patient expectations regarding the goal of treatment and rehabilitation

Clearing misconceptions about the nature of MNDDs

Helping patients understand the impact of their diagnosis

Discussing prognosis

Having enough time to offer long consultations and provide adequate information

Breaking bad news as a balancing act Being honest and realistic
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Being sensitive

Providing positive information/Promoting a sense of hope

Avoid providing false hope

Assessing patients’ information needs and preferences

Providing potentially distressing information regardless of patients’ readiness to receive it
Empowering patients to regain control over Breaking bad news to prepare patients for the future
their health and lives Discussing treatment options

Supporting patients to made decisions and plan for the future

Providing holistic assessments

Signposting to other professionals/sources of support

Encouraging self-management

Providing emotional support

425



Appendix 5

Supplementary Material for PP4

Interview guide

Question

Prompts

Can you tell me how you have come to work in

this context and this line of work?

How long are you in practice? How old are you?
Where were you trained?

What kind of diagnoses do you give?

So, let’s say that you have to deliver a diagnosis
for a MNDD. How do you prepare yourself before

the consultation?

What kind of goals do you set for the
consultation?

What do you think the main goal of diagnosis
delivery is?

How do you feel and what are your emotions

at this point?

What is the usual practice in your organisation
regarding the setting where diagnosis delivery

takes place?

[s privacy always guaranteed?
Did you ever have to deliver the diagnosis

through the phone?

Are there any other people usually involved in the

consultation?

...such as patients’ family or a nurse
Do you think it is helpful for you or the patient

to include others in the consultation?

How much time do you usually dedicate to a

diagnosis delivery consultation for an MNDD?

Do you dedicate a different amount of time for
different MNDDs?
Do you think this is enough for patients to get

all the information needed at that point?
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How do you start the consultation? What would
you usually say? Can you narrate for me how a

typical consultation would go?

Do patients usually know they are about to
receive bad news?
Do you try to give some warning signs that you

are going to break bad news?

What is your emotional state like when you are
giving the name of the condition and you see the

patient’s reaction?

What are patients’ usual reactions to the news?

How do you respond to their reactions?

Do you give them time to express their
emotions?

Do you remember any occasions when the
patient had a very strong reaction when they
received the diagnosis?

How do you react if a patient starts crying?
Has anyone ever got an angry reaction to the
news? How did you manage this?

What are usually the reactions of the family?

How do you manage them?

Have any experiences of breaking bad news

particularly memorable for you?

Either positive or upsetting

Can you talk to me about it?

How do you check patients’ information

preferences?

Do you withhold any kind of information when
you are delivering a diagnosis for a MNDD?
How do you decide what kind of information to
provide?

When talking about treatment, do you enable
the patient to express their personal needs and

preferences?

Let’s say that you have to deliver the diagnosis of
MS to a woman in her 30s with 2 children, how

does this make you feel?

How do you go about doing this? How would
you describe your experience in taking on such
a task?

Can you describe any somatic feelings?
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Do patient factors such as their age affect your

emotions and how you deliver the diagnosis?

Have you ever been emotionally affected after a

breaking bad news consultation?

How did you feel?

How is a breaking bad news consultation

different than other consultations?

Do you experience it in a different way? Do you
think it is a difficult task? Why? Do you think it

is a stressful task? Why?

How does diagnosis delivery differ among

MNDDs?

Any illness-related factors that you take into

account when delivering the diagnosis?

What are the most challenging aspects of

delivering a diagnosis for an MNDD?

In case they do not provide enough
information to the open-ended question,
examples will be given by the interviewer on
which the participant can elaborate on (e.g.
incurable nature of the conditions, responding

to patients’ emotions)

Can you give me an example of a consultation that

went particularly well?

How do you feel after diagnosis delivery has

been particularly effective?

Do organisational/healthcare system factors
affect the way you deliver a diagnosis for an

MNDD?

In case they do not provide enough
information to the open-ended question,
examples will be given by the interviewer on
which the participant can elaborate on (e.g.

time constraints)

In general, how would you self-assess how well
you communicate the news for a motor

neurodegenerative condition?

How confident are you that patients leave the

consultation having taken in all the
information relevant to them at that point?

In general, how satisfied do you think your
patients are with the way the diagnosis is

delivered?

What kind of education and training have you

received on communication with patients?

Have you received training specifically for

breaking bad news?
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Do you follow any specific guidelines for
breaking bad news? If no, do you think it would
be valuable for your organisation to follow a
specific set of guidelines?

Would be interested to receive further training
on breaking bad news?

How has your practice on breaking bad news

changed over the years?
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Coding example

Reflection - Initial
ideas

Transcript excerpts

Coding
Descriptive/interpretative/linguistic

Maybe there isn’t a
perfect way to
deliver such
diagnoses that’s
where support,
empathic and
compassionate
practice could be
fundamental?

I: So, what are the most challenging aspects of delivering a diagnosis of MND?

P: Is knowing how to do it right, that's the most challenging. How do you, how
do you best give terrible news to somebody in a way that allows them to absorb
the information without shutting down emotionally and without it being such a
traumatic experience that they can't, they just re-live it it or they can't even
think about it? It's that, how do you give that information in a gentle way.
Because that's in the end what you have to be you have to be gentle, you're
giving someone a massive blow. It's like trying to punch someone so hard to
knock them out but you have to do it very, very gently.

I: So ideally, how do you want the patient to leave the room?

P: I want them to leave, having absorbed the information in a state of mind
where they can deal with it. I want them to leave feeling positive. So, a lot of
what I do is, after giving the terrible diagnosis, tell them what we can do, and
telling them that there's an army of researchers trying to support them, and, you
know, I don't know how long it'll be before we find a cure, but everyday we're
closer, obviously. And I try to give them hope and I help them with things like
alternative therapies, you could go here. And there's these clinical trials, and we
do this research...

I: So, you give them some treatment and management options...

Knowing how to give news without hampering patient’s information
absorption, shutting them down emotionally and contributing to a traumatic
experience is the most challenging aspect of BBN - places the challenge of BBN on
‘knowing’ rather than the ‘doing’, implies BBN is a process that can be approached
in different ways and primarily requires knowledge and potentially experience -
he’s sensitive to the immediate impact the diagnosis can have on patients.

- it sounds
like BBN for MND is a lose-lose situation, where neurologists will inevitably distress
patients through diagnosis communication - however, the need to be gentle and
sensitive is emphasised

Wants people to leave the consultation having absorbed information, being able to
cope with it and feel positive. After giving the diagnosis he tries to instil hope by
informing patients about current research on cures, current trials and alternative
therapies they can try

Balancing bad news by also promoting some sense of hope for potential research
advances regarding therapy. Being well-informed but still feeling a bit positive as
ideal outcomes of an effective BBN consultation.
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The participant
has been reluctant
to discuss the
emotional aspect
of delivering these
diagnoses up to
this point - what
he says here might
explain why (see
coding) - I should
have asked why he
believed that.

P: Yes, yeah. The other thing, as I say, we have a multidisciplinary team, so they
know they're supported. And I make it explicit that we don't want them to feel
abandoned. And that the purpose of our clinic is that they can ring or contact us
at any time for any support they need.

]

Have you ever been emotionally affected after consultations when you had
broken bad news?

Yes.

How did you feel?

Well, sad. Yeah. I mean, I don't know what more I can say. You know, I could give
you a sort of florid series of metaphors about my emotional status, but I don't
think it would help very much.

Oh, why not? You can just give me one.

Okay. Well, maybe I can't, but let me just think. [ suppose it's a bit like going to
funerals. I don't know if you've been to many. But you know, whenever you go
to a funeral, it reminds you of all the others that you've ever been to, including
those of your nearest relatives. And, whenever you break bad news, it sort of
reminds you of all the others. And it reminds you of your own predicament in
life and of life, fragility.

See? That's not a metaphor. That's really interesting!

It's not, it's not! That's true. That's true.

Informing patients about the MDT support available to them and the availability of
the clinic for whatever support patients might need - Another positive message he
includes during BBN consultation: providing reassurance about the availability of
long-term support, acknowledges the potential feelings of isolation and
helplessness that receiving an MND diagnosis might trigger

Feeling sad after breaking bad news - says he doesn’t know what more to say
other than feeling sad. - reluctance to elaborate on the emotional impact of BBN

He can elaborate on his emotional state after BBN using metaphors but does not
believe this would be helpful - potentially views his own emotional experience of
BBN as being insignificant or he wants to avoid elaborating on experiences that
might have been distressing for him. Throughout the interview he has focussed on
the information that needs to be imparted and has viewed emotional aspects of
these consultations as secondary to the information exchange.

Breaking bad news is a sad process that feels like going to funerals, it reminds him
of all the times he’s broken bad news and reminds him of his own predicament in
life, his fragility - The funeral metaphor might imply a general feeling of sorrow
surrounding the process of giving bad news. Breaking bad news triggers memories
from all similar past consultations and also acts as a reminder of his own fragility -
these add to the sadness experienced when conducting this task but also make it
personal for the doctor as well, exposing his own vulnerability and mortality.
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So it's kind... there's this sense of sorrow, kind of.
The sorrow experienced when delivering these diagnoses could trigger existential
angst - beyond the experience of distressing emotions, being the bearer of such

Sorrow. Yes, that's true. You know, is it existential angst in a sort of way? Yeah. . i . . .
& Y bad news can trigger philosophical questions about life
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Printing and grouping codes and interpretative comments from each
individual interview to create interpretative summaries
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Example of an interpretative summary from an individual interview

Interpretation both at coding level and also when writing these narrative

summaries

Example 1. Hierarchy of neurological conditions

Narrative summary

Codes

Examples of supporting
quotes

When she was asked about
her general experience in
communicating the MNDD

diagnosis, the participant
presented a hierarchical
ordering of neurological

conditions, based on how
manageable and directly life-
threatening they are. The
perceived severity of an
MNDD seemed to influence
her perceived difficulty of
diagnosis  delivery, her
emotional experience of
breaking bad news and some
parameters of her practice
(such as the amount of time
invested for the
consultation). At the bottom
of her hierarchy of
neurological conditions was
MS. Due to advances in
available disease-modifying
treatments the participant
could offer a  better
prognosis to patients which
made it one of the ‘easier
diagnosis to give’. She
reported telling patients that
an MS diagnosis is ‘actually
good news’, implying that it
could be something worse
than MS. Her professional
knowledge and clinical
perspective allow her to
contrast and compare MS to

Because of advances in
available treatments, BBN
in MS has changed
massively for the better
since she feels she can
discuss a better prognosis

Views MS as ‘good news’
which she might also
mention to patients

She tells MS patients that
the chance of being in a
wheelchair 5 years post-
diagnosis, has gone from 50
to 5%

Giving an MS diagnosis can
be a positive discussion
that includes treatment
options

MS is now one of the easier
diagnoses she gives -
‘Easier’ not ‘easy’ might
imply that it’s still difficult
nevertheless

People know about PD but
dread it coming with a
preconception that it is
incurable, and nothing can
be done about it, although
she states this is not
entirely true as PD for her is
‘nowhere near the worst

‘Communicating with
patients with a diagnosis
of MS has changed
massively in the last 15
years. And that's probably
because we're able to
offer a much better
prognosis.’

‘I say show them the
scans, I say, “There are
multiple, these are called
scleroses and this is MS,
had you thought about
that?”, and they say “yes”
or “no” and then I'll say,
“This is what this means,
actually this is quite good
news”, etc.

‘So, actually, I find the
diagnosis of MS is much
easier, it's positive, we
can talk to them about
treatment.

‘A Parkinson's disease
diagnosis is still nowhere
near the worst thing that
I have to do, I can often
say to people, “We can't
cure this, but we often
can manage it really well
and there are lots of
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other, more severe
conditions, [yet from the
patient’s perspective MS

could still be a disruptive
diagnosis which they do not
necessarily compare with
other more severe ones].
Similarly, she found PD to be
‘nowhere near the worst
thing’ she has to diagnose,
mostly because of its chronic
nature (versus conditions
with limited life expectancy)
and the variety of options
she could offer patients
(medications,
physiotherapy,
rehabilitation etc.) to help
manage their condition.
However, she found
diagnosing young onset
Parkinson’s difficult because
of how upsetting and life-
changing the diagnosis can
be for young people. Moving
up the ‘hierarchy’, she
believes that HD is one of the
worst conditions to diagnose
because of the ‘often-huge
implications’ on a family
level and the fears regarding
the hereditary nature of the
condition. On a more
positive note, unlike the rest
of MNDDs, an HD diagnosis
does not usually come out of
the blue, patients might have
known for years, so breaking
bad news is more
challenging when the patient
and their family did not
know about a positive gene
testing for HD. According to
the participant, MND was the
diagnosis she struggled with
the most due to its ‘bleak’
nature associated with a

thing she has to diagnose’.
[mismatch between her
and patients’ experiences]

Discussing ways to manage
PD make it an ‘easier’
diagnosis.

She presents a ‘hierarchy’
of neurological conditions
based on their severity
which affects how difficult
diagnosis giving is for her -
based on her clinical
knowledge and experience,
potential divergence to the
patient’s experiences?

More difficult to deliver a
young onset diagnosis for
PD as it can be life-changing
and upsetting

The often-huge
implications of a HD
diagnosis on a family level
makes it one of the worst
conditions to diagnose

Struggles the most with
giving an MND diagnosis
because it is bleak -
associated with the lack of
positive aspects of it, a
diagnosis is difficult when
she feels she can’t offer
much to the patient -
‘bleak’ emphasises the
hopless and destructive
nature of this diagnosis

MND diagnosis as ‘awful
news’ - Besides giving an
MND diagnosis, she has to
make people think about
making decisions about the
future, even their end-of-

things that we can try to

”

help you get better”.

‘The big different for
Huntington's disease is
usually then the family
will come to the
diagnostic interview and,
erm, everybody's invested
interest in it. And I once
diagnosed somebody with
Huntington's disease at
the age of 82. And she had
a lot of children and
grandchildren so, the
implications were huge,
really. So, Huntington's
disease tends to be one of
the worst because of the
wider view.’

‘But, of all the things |
diagnose, MND is the
thing that I find hardest
to discuss because it is so
bleak and erm... I can't

find many positives to
offer at all’

‘If we're dealing with
MND, first of all, I'll give
myself a double slot to
break that bad news.’
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complete lack of positive | life care - bad news
aspects she could discuss | beyond just naming the
with patients. When | condition

breaking the bad news of
MND, she feels that she | Books double slots to
cannot offer much for | deliver an MND diagnosis -
patients, but at the same | more serious diagnosis,
time she had to deliver a | more info to be shared
significant amount of
distressing information. The | For most BBN

hierarchy that she presented | consultations she spends
can also explain why the | 1-1.5 hours and half of that
participant reported | for PD and MS

spending 1-1.5 hours to BBN
for MND and HD, but half of
that for PD and MS.

Theme titles of all interpretative summaries develop from each interview

P1:

P2:

[ have a way of doing it: a gradual approach to breaking bad news
Punching someone but gently: the paradox of imparting distressing
information in a sensitive way

After giving the name - assessing patient’s info needs and dealing with
patients’ reactions

Being part of a specialist MND clinic makes everything easier

Leave a piece of you in the room or be a robot
Clock watching

Softening the blow

Hierarchy of neurological conditions
‘I'm still human’

Assessing information needs and tailoring information giving
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P4-:

P5:

P7:

P8:

Providing a supportive consultation

It's sad but you have to be strong
Acknowledging patients’ need for support during and after the

consultation - ‘Hope would be unfair but live for today’

Focusing on aiding patient understanding

‘The most central thing [ do’ - what makes it emotional and difficult

The importance of pnroviding a tailored consultation when breaking bad
news
‘You're only human’ / ‘Welcome to the human race’: the emotional toll

and emotional triggers of being the bearer of bad news

A patient-centred approach to information giving
Reluctancy in talking about the emotional experience of breaking bad

news

Sharing the silence: allowing people to express their emotions

‘You're telling a fellow human being they have a horrible disease’ - the
emotional experience and impact of breaking bad news.

Beyond giving a name: the challenges of knowing how far to go with

information giving at diagnosis in the context of MNDDs
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