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Thesis Abstract

This thesis is comprised of a scoping literature review, a research paper and critical
appraisal which focus on psychological distress and psychological therapy in the context of
Huntington’s disease (HD). The literature review is a scoping review of 29 papers looking at
different aspects of irritability in the context of HD. The review examines the validity of
irritability as a meaningful construct in HD. Clinical and theoretical implications as well as

suggestions for further research are also discussed.

The research paper investigates understandings of psychological distress in HD from
the perspective of people with HD as well as seeking to understand people’s perspectives of
psychological therapy. Semi-structured interviews were conducted with nine participants,
prior to commencing a trial of mindfulness-based cognitive therapy (MBCT) and the data
subsequently analysed using interpretative phenomenological analysis (IPA). Three themes
emerged from the data: (1) Attributing psychological distress to HD: ““you’re blaming
everything on that now”; (2) Attribution across time: ““in the past you’d just get on with it”’;
(3) Therapy instils hope and fight: ““a light at the end of the tunnel”. The results are then
discussed in terms of implications for the potential for psychological services to be available
to people with HD alongside the need for further research into the acceptability of
psychological approaches in the context of HD. The research paper highlights a predominant
biological understanding of psychological distress with a more implicit psychological
understanding presented, and a hope for psychological therapy to enable people to regain

control over their experience.

Finally, the critical appraisal reflects on some of the process issues encountered
during the research including the impact of attending the MBCT group on the data analysis

and barriers to recruitment.
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IRRITABILITY IN HUNTINGTON’S DISEASE

Abstract

Purpose: To scope the literature concerning irritability in Huntington’s disease to determine

whether or not irritability is a valid and meaningful construct within this population.

Method: Scoping literature review.

Results: The review highlighted several aspects of irritability in HD which influence the
validity of irritability as an independent construct within HD. Various measures are used to
assess irritability yet there remains no gold standard and consequently irritability is assessed
inconsistently. Irritability does not seem to reflect the HD disease process and appears to be
strongly associated with other psychological constructs including depression, anxiety and

apathy.

Conclusions: Irritability as a construct continues to lack clarity and is used and measured
inconsistently. Consequently, further research is required in order to determine the extent to

which irritability is a valid construct within the context of HD.
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Validity of irritability in Huntington’s disease: A scoping review

It has been suggested that irritability is commonly experienced by people with
neurological conditions such as Parkinson’s disease (PD; Aarsland et al., 1999), dementia
(Burns, Folstein, Brandt & Folstein, 1990) and progressive supranuclear palsy (PSP;
Gerstenecker, Duff, Mast, Litvan & ENGENE-PSP Study Group, 2013). However, it is
perhaps most notably discussed in people with Huntington’s disease (HD; Wagle, Wagle,
Markova & Berrios, 2000) where it is often reported as a ‘neuropsychiatric’ symptom of the
HD process. Moreover, many studies have reported high rates of irritability in HD (Craufurd,
Thompson & Snowden, 2001; van Duijn, Kingma & van der Mast, 2007). However, it has
been argued the concept as it is currently lacks psychological rigour and, as such, research
and measures could be potentially measuring different concepts, for example anger and

aggression (Craig, Heitanen, Markova & Berrios, 2008).

Introduction to Huntington’s disease

HD is an inherited neurodegenerative disease, characterised by a triad of progressive
difficulties in motor, cognitive and behavioural domains (Craufurd et al., 2001). A formal
diagnosis of HD is made when motor symptoms become apparent (Tabrizi et al., 2009). Age
of onset (when motor symptoms start to develop) usually occurs around the age of 40 with
the disease subsequently progressing over 15-20 years (Novak & Tabrizi, 2010). However,
psychological difficulties are frequently experienced by people with HD prior to this onset of
motor symptoms (Duff et al., 2007; Roos, 2014). Difficulties associated with HD vary across
disease stages, with psychological difficulties such as irritability, depression and anxiety
argued to form the three core difficulties experienced by people with HD (Kloppel et al.,

2010).
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Conceptualising Irritability

Irritability, in general, has been characterised as a readiness to react excessively to
negative stimuli often having both an affective component, anger and behavioural
component, aggression (Buss & Durkee, 1957; Caprara et al., 1985), however it is poorly
defined. Snaith, Constantopoulos, Jardine and McGuffin (1978) defined irritability, in
general, as a psychological state characterised by poorly controlled anger resulting in
aggression, impatience and intolerance. However, in an attempt to provide a formal
definition, Snaith and Taylor (1985) later proposed a definition of irritability as a “feeling
state characterised by reduced control over temper which usually results in irascible verbal or
behavioural outbursts, although the mood may be present without observed manifestation”
(p.128). This seems to be inconsistent with psychological theory which differentiates
between an emotion and a mood, seeing them as closely related yet distinct phenomena
(Beedie, Terry & Lane, 2005). They further noted “it may be experienced as brief
episodes...or it may be prolonged and generalised...irritability is always unpleasant for the
individual and overt manifestation lacks the cathartic effect of justified outbursts of anger”

(Beedie et al., 2005, p.128).

More recently, Craig et al. (2008) conceptualised irritability as a mood state,
differentiating this from emotions such as anger which tend to be more reactive compared
with a mood which they understood to be more prolonged. Conversely, irritability has also
been conceptualised as a stable personality trait (Buss & Durkee, 1957). For example, early
German psychopathologists referred to changes in behaviour, such as irritability, as part of
personality change (Craufurd & Snowden, 2014). Indeed, it is evident that there are opposing
views as to whether irritability should be conceptualised as a state or trait (Burns et al., 1990),

or if it has elements of both.
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Indeed, the debate remains regarding whether irritability should be understood as a
mood disorder independent of others such as anxiety and depression (Mangelli et al., 2006).
In a study investigating irritability in physical illness including cardiovascular, cancer and
endocrine illnesses, Mangelli et al. (2006) found irritability and depression to be two distinct
phenomena despite some overlap. They argued this provided support for the earlier findings
of Snaith and Taylor (1985) that irritability was an independent mood as opposed to one

representative of anxiety or depression.

Irritability in HD, specifically, has been conceptualised using the definitions applied
to the general population. However, the occurrence of irritability in HD can be more difficult
to determine due to the brain changes associated with HD, potential differences in
understandings of irritability and the lack of reliable methods of assessment (Craufurd &

Snowden, 2014).

Causes of Irritability in HD

In addition to the variety of definitions of irritability and measures used to assess it,
various explanations have been put forward regarding the cause of irritability in HD
(Craufurd & Snowden, 2014). It is commonly understood that irritability is the result of the
biological progressive neurodegenerative nature of HD. Indeed it has been suggested that
higher levels of irritability in people with HD, compared with spouse controls in the same
environment, “implicates a neurobiological, rather than psychological or reactive, basis for
these behavioural signs” (Tabrizi et al., 2009, p.799). For example, it has been suggested that
the degeneration in areas of the brain that control socially appropriate behaviour may result in
irritability in the earlier stages of HD (Mega & Cummings, 1994). Moreover, this is
consistent with wider understandings that neurodegenerative changes resulting from HD are

important in the development of psychological difficulties experienced by people with HD.
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While irritability is frequently identified as a separate difficulty experienced in HD,
there has also been debate that it may be secondary to other psychological difficulties such as
depression (Craufurd & Snowden, 2014; van Duijn., 2010). Furthermore, some people with
HD often report periods of suicidal ideation after episodes of heightened irritability (Craufurd
& Snowden, 2002), indicating a potential association between irritability and suicidality. On
the other hand, it has been suggested that irritability may, at least in part, be a psychological
consequence of difficulties with communication and cognition (Craufurd & Snowden, 2014).
Difficulty communicating would understandably lead to frustration, over time resulting in an

increased level of irritability.

Although the dominant perspective is that of a biological understanding, behaviour in
HD is also likely to reflect both intrinsic and reactive changes (Craufurd & Snowden, 2014).
Consequently, further investigation is required of the concept of irritability in HD to
understand whether the occurrence of irritability is a result of alterations in the brain, in
response to living with a distressing disease or a combination of the two. Indeed, irritability
is noted to be a key determinant in people with HD moving to residential care (Craig et al.,
2008) and as such it seems important to understand the concept to reduce the impact it has on
people with HD. Furthermore, the influence different measures have on reports of irritability

should also be considered.

Validity of irritability

There are several types of validity important in terms of establishing whether a
construct is valid, for example construct validity, predictive validity, convergent validity and
discriminant validity (Kendell, 1975). Construct validity refers to how much the concept of
irritability as a symptom in HD is reflective of a true difficulty that people with HD

experience (Kendell, 1975).
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As part of assessing construct validity, which could be seen as a superordinate value,
a number of other types of validity can also be assessed. For example, convergent validity
refers to the degree to which a construct is similar to another construct that it should be
similar to. In the case of the current review, this relates to whether irritability is similar to
constructs such as anger and hostility. Additionally, in terms of the measures used to assess
irritability, it is important to consider whether they measure irritability in a similar way or
whether they distinguish between different constructs. Conversely, if it were apparent that
irritability was to diverge in meaningful ways from other constructs then it could be
suggested that irritability has discriminant validity. Discriminant validity refers to whether or
not a diagnosis or measure can distinguish between the construct we are interested in and
other constructs (Kendell, 1975). Finally, predictive validity is the extent to which a
diagnosis provides useful information regarding an individual’s future (Kendell, 1975). For
example, reviewing the literature and considering whether or not irritability is able to predict

important aspects of HD such as quality of life and disease progression.

In order to examine the concept of irritability the current review adopts a scoping
review method. A scoping review aims to provide an overview of background information
pertaining to an area of inquiry which can later inform a more specifically focussed
systematic review (Armstrong, Hall, Doyle & Waters, 2011). Scoping reviews are
particularly useful for areas which are complex and have not been extensively reviewed
(Mays, Roberts & Popay, 2001). Indeed, irritability in HD has received little attention and is
yet to be fully understood. As such, this scoping review aims to provide a broad overview of
the existing literature on irritability in HD to investigate whether irritability could be argued
to be a valid construct within this population. Consequently, this paper will review the key
findings from the research, how irritability is associated with other psychological difficulties,

potential treatment options for people with HD and the potential aetiology of HD. Finally, it
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will conclude whether or not irritability is a valid construct and clinically meaningful for

people with HD.

Method

This scoping review followed the stages outlined by Arksey and O’Malley (2005). A
research question was developed and relevant studies identified. Studies appropriate for
inclusion were selected and the relevant data charted in order to collate the necessary data.

The results were then summarised and reported.

Searching for studies

The papers selected for inclusion in this scoping review met the following inclusion
criteria: (i) the paper was published in English language; (ii) published in a peer reviewed
journal; (iii) the paper involved the investigation of irritability in HD including prevalence,
associations with other variables, across disease stage, treatment options and aetiology.
Additionally, papers investigating irritability in HD and other neurological conditions were

excluded if they did not report findings for each separate neurological condition.

Relevant papers were identified by conducting a search in the databases Academic
Search Complete (searchable years 2002-2014, “‘peer reviewed’ and ‘English’ selected),
PsycINFO (searchable years 1940-2015, “peer reviewed’ and ‘English’ selected), CINAHL
(searchable years 1999-2009, ‘peer reviewed’ selected), Scopus (searchable years 2006-2015,
‘English’ and “Journals’ selected), and Web of Science (searchable years 1990-2015). The
search was conducted in November 2015 and the full-text search terms used to identify
potential papers were “irritability” and “Huntington*”. This database search returned 334
papers (Academic Search Complete = 29, PsycINFO = 60, CINAHL = 3, Scopus = 179 and

Web of Science = 63). Duplicates were removed, leaving 217 papers. Remaining papers
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were then reviewed for their suitability by reading the titles and abstracts. However, for
those papers where suitability was unclear, the full text was read and subsequently the
inclusion and exclusion criteria applied. This process revealed 29 papers suitable for
inclusion in the current review. Table 1 provides a summary of these papers. Quality
appraisal is not required within the process of a scoping review therefore was not conducted

(Arksey & O’Malley, 2005).
(<Insert Table 1 here>)
Results

Twenty-nine papers were included in the current review with a summary of the results
presented in Table 2. Of the 29 papers, 10 compare irritability in people with HD to healthy
controls, nine examine changes in irritability across disease stage, two compare irritability in
individuals with HD with those with other neurological conditions, 12 report associations
with other psychological difficulties in HD, three describe interventions and three report
potential neurological pathways for irritability in HD. Some of these papers investigate more
than one area pertaining to irritability in HD. In addition, the measures used to assess

irritability are also discussed below.
(<Insert Table 2 here>)
Measures of Irritability

Various measures have been developed to assess irritability both in non-HD and HD
populations, for example, the Buss-Durkee Hostility Inventory (BDHI) and the Problem
Behaviours Assessment for HD (PBA-HD). However, it remains that there is no gold
standard for assessing irritability (Bouwens, van Duijn, van der Mast, Roos & Guiltay, 2015).

Furthermore, the lack of a core and widely understood construct means that different
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measures potentially measure different constructs. This can result in inconsistencies in
research findings based on the choice of measures as opposed to true differences based on
issues unrelated to sampling error. Furthermore, irritability measures can rely on either self-
report, caregiver-report, clinician-based assessment and in some cases a combination of the

three.

A number of measures are used to assess irritability in HD (see Table 3). The
Irritability, Depression, Anxiety Scale (IDA; Snaith et al., 1978) was initially developed to
address the need for scales to assess irritability in clinical populations and has been used in
studies assessing irritability in HD (Berrios et al., 2001; Berrios et al., 2002; Nimmagadda,
Agrawal, Worrall-Davies, Markova & Rickards, 2011). Snaith et al. (1978) described
irritability as a two-dimensional construct, which led to the formation of two subscales in the
IDA: outwardly expressed irritability and inwardly expressed irritability (Snaith & Taylor,
1985). Additionally, this scale is reliant on self-report, thus assessing subjective irritability.
Snaith and Taylor (1985) examined irritability in clinical populations, across four studies
including people experiencing depression, anxiety, mood disorder and obsessional neurosis,
which subsequently indicated that irritability should be understood as a mood state rather

than a personality trait.
(<Insert Table 3 here>)

Further measures that have been used to assess irritability in HD include self-report
measures such as the PBA-HD (Craufurd et al., 2001) and the behavioural section of the
Unified Huntington’s Disease Rating Scale (UHDRS-b) and informant report measures such
as the John Hopkins Irritability Scale and the Burns Irritability Scale (BIS; Burns et al.,
1990). Burns et al. (1990) argue that self-report measures are not suitable for people who go

on to develop cognitive impairment, potentially suggesting that people lack insight into their
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own problems and thus require more objective measures. As such, informant report measures
can be used alongside self-report measures to provide a more accurate account of a person’s
experience of irritability. The BIS (Burns et al., 1990) purports to allow for an objective
measure of irritability to be obtained from a carer or family member, aiming to measure a
change in behaviour in the context of illness. Therefore, someone who has always been
irritable would be unlikely to score highly for irritability using this scale (Burns et al., 1990)

due to the focus on change in irritability as opposed solely to the current level.

One of the most commonly used measures is The Unified Huntington’s Disease
Rating Scale (UHDRS; Huntington Study Group, 1996) which measures motor, cognitive and
behavioural aspects of HD as well as functional capacity. Indeed, this scale was used in a
number of studies included in the current review (Banaszkiewicz et al., 2012; Hubers et al.,
2013; Reedeker et al., 2012; Rickards et al., 2011; Thompson, Snowden, Craufurd & Neary,

2002; Van Duijn et al., 2014).

Another measure frequently used to measure irritability in HD is the PBA-HD
(Craufurd et al., 2001). This is a semi-structured interview used with both people with HD
and close others such as family members. The scale comprises of three factors: apathy,
irritability and depression, all with individual sub-scale items. Irritability items include
inflexibility, preoccupations, irritability and verbal and physical aggression (Craufurd et al.,
2001). Items are measured on a five-point scale to assess both the frequency and severity of
behavioural difficulties in HD and multiplied to obtain an overall score (Gregory et al.,

2015).

Indeed, it is evident that the way in which different measures conceptualise, and
subsequently measure, irritability has differed. Although multi-item irritability measures

such as the IRQ have been shown to have good reliability and assess a variation of thoughts,
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feelings and behaviours related to irritability (Holtzman, O’Connor, Barata & Stewart, 2015),
shortcomings have been highlighted. Holtzman et al. (2015) note how scales attempting to
measure irritability also tap into constructs such as anger and hostility. This is problematic in
the assessment of irritability since irritability, unlike anger, often occurs in the absence of a
direct cause and is longer in duration (Beedie et al., 2005), therefore implying a different
construct. If irritability is to be understood as a mood state then it should be distinguished
from anger which often has a clear antecedent (Craig et al., 2008). Although it is generally
acknowledged that irritability is a construct distinct from anger and aggression, this is not

currently reflected in the measures used to assess it (Holtzman et al., 2015).

In addition, if irritability is conceptualised as a “temporary psychological state”
(Snaith et al., 1978, p.164) then it seems necessary that the individual is central in the rating
process (Holtzman et al., 2015). Self-report measures, where possible, are one of the key
methods of measuring irritability in HD. They are important in order to understand and
measure the personal experience of the individual which is not always observable by family
members or clinicians, since their ratings are based on observable behaviour (Bogart, 2011).
However, in contrast to this, consideration should be given to the fact that with conditions
such as HD which affect the brain, there is a potential for self-awareness to become reduced
further along in the disease process (Kirkwood et al., 2002b). As such, there may be a limit

to the validity of self-report measures.

Indeed, it may be difficult to measure irritability in HD accurately, particularly during
more advanced stages whereby an individual may not be able to provide a self-report measure
due to other difficulties that occur with the progression of HD such as cognitive impairment
(Fisher, Sewell, Brown & Churchyard, 2014). As such, it may be at this point that family

member and clinician-based measures are more appropriate, either as a stand-alone measure
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or in addition to self-report measures. However, if the notion of inward irritability, that
which cannot be observed, is to be considered then this is likely to go un-measured due to the
reliance on self-report measures (Snaith et al., 1978). Consequently, reported rates of
irritability in HD may depend on the measures used, how irritability is defined and the stage
of disease (van Duijn et al., 2013). Measures such as the PBA-HD which are conducted with
the person with HD, a spouse or carer and acknowledge observations made by the interviewer
(Callaghan et al., 2015), may be most appropriate. Furthermore, it may also be important to
consider whether a single measure of irritability is able to provide an accurate depiction of

irritability (Kloppel et al., 2010).

Irritability in people with HD compared with healthy controls

A range of studies have compared irritability in people with HD with healthy controls
(Berrios et al., 2001; Berrios et al., 2002; Julien et al., 2007; Kirkwood et al., 20023;
Kirkwood et al., 2002b; Kingma, van Duijn, Tinman, van der Mast & Roos, 2008; Kloppel et
al., 2010; Reedeker et al., 2012; van den Stock et al., 2015; Vassos, Panas, Kladi &
Vassilopoulos, 2007). Seven of the 10 studies found that irritability is significantly higher in
people with HD compared with healthy controls (Berrios et al., 2001; Berrios et al., 2002;
Julien et al., 2007; Kingma et al., 2008; Kirkwood et al., 2002a; Reedeker et al., 2012; Van
den Stock et al., 2015). In a review of the prevalence of psychological difficulties in HD, van
Duijn et al. (2007) found reported rates of irritability in people with HD to range from 38% to
73% as measured by the PBA-HD and NPI. As cut off scores are used to determine whether
irritability is present, and to what extent, it is apparent there is an assumption that irritability
is a symptom of HD which can be diagnosed. However, due to no standardised cut off score
existing for measuring irritability, across different measures, those selected are at the

discretion of the researcher.



1-14
IRRITABILITY IN HUNTINGTON’S DISEASE

Additionally, irritability levels have been found to vary in accordance with report
type. There was agreement between both self-report and informant-report that 28% of those
with the expanded gene were considered irritable and 50% were not irritable. With regards to
the remaining participants, there was disagreement between people with HD and their
informants with informants reporting more irritability in people with HD compared with the
individuals themselves (Reedeker et al., 2012). This could potentially be a result of people

with HD having reduced insight into their experience and presentation.

In addition, Kirkwood et al. (2002a) observed an increase in irritability and clinical
hostility over an average of a 3.7-year period in pre-symptomatic gene carriers compared
with non-gene carriers. This demonstrated that irritability may occur prior to the occurrence
of physical clinical symptoms. Similarly, Berrios et al. (2002) found that gene carriers had a
significantly higher level of both inward and outward irritability than non-gene carriers
measured by the SIS, which loaded onto the ‘personality” factor suggesting irritability may be

part of a personality change occurring in HD.

However, three out of the ten studies which compared people with HD to healthy
controls failed to find a significant difference in irritability (Kirkwood et al., 2002b; Kloppel
et al., 2010; Vassos et al., 2007). Kloppel et al. (2010) did not find a significant difference in
irritability between pre-symptomatic gene carriers and non-gene carriers. Additionally, there
was agreement between the pre-symptomatic gene carriers group and their close companions
regarding their level of irritability. Due to the inclusion of informant-report in addition to
self-report, it may be suggested that the potential for under-reporting and limited insight is

reduced, thus reflecting a more accurate depiction of their irritability.

Similarly to Kloppel et al. (2010), Kirkwood et al. (2002b) did not find a difference in

irritability between those with manifest HD, pre-symptomatic gene carriers and non-gene
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carriers as measured by the MMPI. It is noted that the MMPI may not be sensitive to
changes observed in HD (Kirkwood et al., 2002b) due to it being a measure of personality
traits and psychopathology used within non-HD populations. However, the use of the SIS
constructed for use with clinical populations, in the study by Kloppel et al. (2010), was not
able to detect differences in irritability between pre-symptomatic gene carriers and non-gene
carriers. It may therefore be argued that the selected measure was not the only reason for
lack of significant results. Additionally, the control group in this study were companions of
those with HD and thus indirectly affected by HD. Therefore, their experience of irritability

may differ to healthy controls who are not affected by HD.

Finally, Vassos et al. (2007) investigated the psychological and behavioural features
which differentiate people with HD from those without HD. Within this study they did not
find a significant difference in either inward or outward irritability as measured by the SIS.
This is in contrast to the findings of Berrios et al. (2002) who also used the SIS as a measure
of irritability. On examining the effect size for the study by Vassos et al. (2007), a small
effect size of d = 0.20 for inward irritability suggests an effect is potentially detectable,
however an effect size of d = 0.06 for outward irritability suggests there is no difference to
find. Indeed, the sample included by Vassos et al. (2007) was n = 64 while Berrios et al.
(2002) had a sample size of n = 98. However, Vassos et al. (2007) did find that people with
HD showed a significantly higher level of extroverted hostility compared with healthy
controls, describing hostility as a personality dimension rather than a behavioural aspect.
Similarly, Berrios et al. (2002) found that both inward and outward irritability loaded onto a
personality factor for people with HD within their factor structure suggesting irritability may

be part of a person’s personality.

Irritability across disease stage
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While gene carriers have been compared with healthy controls, it has been suggested
that irritability varies across stage of disease, potentially with those closer to the onset of
clinical symptoms becoming increasingly more irritable. In addition, irritability may reflect a
change in people with HD for a substantial period prior to the onset of motor symptoms
(Julien et al., 2007). As such, a comparison of people with HD across disease stage seems

appropriate in order to understand the trajectory of irritability in HD.

Of the ten papers included in this review comparing irritability across disease stage,
seven did not find a significant difference in irritability across disease stage (Bouwens et al.,
2015; Craufurd et al., 2001; Julien et al., 2006; Kingma et al., 2008; Kirkwood et al., 2002b;
Pflanz, Besson, Ebmeier & Simpson, 1991; van Duijn et al., 2013). Included among the
more cross sectional studies were two longitudinal studies which also found no significant
increase in irritability between baseline (two years after entering the study) and two-year
follow-up (Bouwens et al., 2015; van Duijn et al., 2013). Bouwens et al. (2015) took
measurements of irritability at two time points using the Irritability Scale (Chatterjee,
Anderson, Moskoqitz, Hauser & Marder, 2005) and found of those who were irritable at
baseline, i.e. two years after entering the study (33%), 70% remained irritable at follow-up
two years later. Furthermore, of those who were not irritable at baseline, only 23% went on

to report irritability at follow-up.

Similarly, in a study by Craufurd et al. (2001), no linear relationship emerged between
irritability and disease duration. However, across a disease duration span of 1-23 years, they
found that difficulties defined under the factor ‘irritability’, including irritability, verbal
aggression, physical aggression, inflexibility and pathologic preoccupation, occurred more
frequently in people with a disease duration of 6-11 years. Interestingly, they found a linear

relationship between apathy and disease duration which they argued might suggest apathy
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reflects a disease process whereas irritability may not. Consistent with the finding that
apathy increases with disease progression, Kingma et al. (2008) found that both early
symptomatic and advanced symptomatic gene carriers did not reveal more irritability than
pre-symptomatic gene carriers, however did show more apathy the further advanced in
disease they were. Again, this suggests that irritability may not be an underlying process

associated with the disease process of HD, rather it is in response to living with HD.

However, three papers did find a difference in irritability across disease stage
(Gregory et al., 2015; Thompson et al., 2012; van Duijn et al., 2014), although their findings
were not consistent. Irritability was found to be significantly higher in those with clinically
diagnosed early HD when compared with people with pre-manifest HD. However, this
research was not extended to those with more advanced HD (Gregory et al., 2015). Van
Duijn et al. (2014) found that in people with HD who experienced moderate to severe
irritability, this increased by stage of disease from 10.4% at stage 1 to 19.6% at stages 4-5.
However, this increase at such an advanced stage could potentially be seen as general distress
due to the impact of HD at this stage. Similarly, a longitudinal study by Thompson et al.
(2012) showed an increase in irritability over time as measured by the PBA-HD. Irritability
was marked as being present if participants scored a severity score of greater than or equal to
2. However, this was limited to a significant linear effect in those who entered the study at
stage 1 and 2 but not in those who entered at stage 3 of HD. The progression of irritability
was therefore only evident in early stage HD. On discussing these findings, Thompson et al.
(2012) note that irritability was common among their sample, further describing poor temper
control in 80% of participants and physical aggression in 50%. Indeed, it appears that temper
and aggression, frequently measured independently of irritability are assumed, in this study,

to be aspects of irritability as opposed to separate constructs.
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However, when interpreting the findings, consideration should be given to studies in
which participants were taking medication to manage their irritability and the impact this may
have had on reports of irritability. Participants in the study by Thompson et al. (2012) had
access to psychiatric input and therefore may have been taking medication to manage their
irritability. As irritability only increased during the early stages of HD, it is possible that
people were prescribed medication when it started to impact on their quality of life.
Consequently, if irritability is managed in the later stages then it is possible that the level of
irritability may not continue to progress due to medication being accessed. Similarly,
Craufurd et al. (2001) reported 35% of participants to be taking medication to manage
irritability. Consequently, differences in findings across studies may be influenced by the

current treatment options being accessed by people with HD included in the studies.

Comparing HD with other neurodegenerative conditions

Since irritability has been reported to occur in neurological conditions other than HD,
it seems appropriate to compare irritability in people with HD with people with other
neurodegenerative conditions. Burns et al. (1990) compared people with HD with people
with Alzheimer’s Disease (AD) on irritability and apathy using an irritability/apathy scale
developed for their research. They found no significant difference in irritability (58%) or
apathy (48%) between the HD and AD groups. The HD group were significantly more
aggressive than the AD group with their aggressive outbursts lasting longer. Additionally, in
both groups, irritability, apathy and aggression appeared to be independent of each other, thus
suggesting an increase in one difficulty would not predict the level of another. Interestingly,
irritability correlated positively with bad temper in the HD group while there was no

correlation in the AD group. Thus, while there was no significant difference between the two
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groups, people with HD demonstrated higher levels of aggression and bad temper than those

with AD.

In addition, Litvan, Paulsen, Mega and Cummings (1998) compared people with HD
to people with Progressive Supranuclear Palsy (PSP) using the NPI. Irritability was shown to
influence the total NP1 score in people with HD. Additionally, the HD group scored
significantly higher on agitation, irritability and anxiety while those with PSP scored higher
for apathy. In the HD group agitation was positively correlated with anxiety, irritability,
disinhibition and euphoria. Similarly, irritability was associated with anxiety, disinhibition,
euphoria and depression. On comparing the two groups, logistic regression analysis indicated
that people with HD were more likely to exhibit hyperactive behaviour (agitation, irritability)
whereas people with PSP were more likely to exhibit hypoactive behaviour (apathy). These
findings support the earlier findings of Burns et al. (1990) which reported that irritability and
apathy can occur independently of each other. Correspondingly, the development of more
recent measures such as the PBA-HD and results of factor analyses (Craufurd et al., 2001;
Rickards et al., 2011) support the notion that irritability is a distinct independent difficulty

experienced by people with HD.

Association with other psychological difficulties

Research into irritability has also often been investigated along with other
psychological difficulties reported to be common in HD. In light of findings comparing
people with HD with other neurological conditions suggesting two independent processes, it
seems necessary to examine this in more detail. In order to examine the associations between
irritability and other psychological difficulties, correlations were examined. Of the twelve
studies comparing irritability with other psychological difficulties in HD, eight reported

correlations between irritability and other psychological difficulties. Seven of these studies
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reported significantly positive correlations with other psychological difficulties including
apathy (Bouwens et al., 2015; Pflanz et al., 1991), anxiety (Litvan et al., 1998; Nimmagadda
et al., 2011; Paulsen, Ready, Hamilton, Mega & Cummings, 2001), depression (Litvan et al.,
1998; Nimmagadda et al., 2011; van Duijn et al., 2014) and bad temper (Burns et al., 1990).
Only one paper reported no correlation between irritability and cognitive impairment

(Thompson et al., 2002).

In addition, one paper found irritability was significantly positively correlated with
suicidal ideation at baseline (Hubers et al., 2013) however this was not maintained at four-
year follow up and thus was not an independent predictor of suicidal ideation. Furthermore,
Banaszkiewicz et al. (2012) found irritability was not significantly related to functional

disability.

However, Bouwens et al. (2015), in a longitudinal analysis, demonstrated that an
increase in irritability was associated with an increase in apathy over a two-year period, an
association that was maintained after other variables had been controlled for. Subsequently it
was suggested that while irritability is often linked to the outward expression of anger,
irritability may also only be expressed internally (Bouwens et al., 2015), similar to the
proposition by Snaith and Taylor (1985) who developed the IDA to examine both inward and
outward irritability. Therefore, for some people with HD, irritability may be expressed
inwardly and, as such, be experienced in a similar way to apathy. Consequently, apathy has
the potential to mask irritability whereby an individual may be internally distressed by

feelings of irritability, without it being expressed overtly.

Furthermore, three studies found associations between irritability and anxiety. Both
Litvan et al. (1998) and Paulsen et al. (2001) found irritability to be significantly positively

correlated with anxiety, r = 0.88 and r = 0.43 respectively, as measured by the NPI.
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Similarly, Nimmagadda et al. (2011) also found that participants’ inward and outward
irritability scores were both significantly positively associated with both their state and trait
anxiety as measured by the IDA and STAI. These correlations suggested the more anxiety a
person felt, the more irritable they felt. While the causal relationship cannot be determined
here, it may be suggested that irritability can occur as a result of or in response to feelings of
anxiety. Therefore, people with HD who have higher levels of anxiety may be more prone to
become irritable. Alternatively, a high correlation such as that found by Litvan et al. (1998)

may evidence that anxiety and irritability are the same construct.

In addition to apathy and anxiety, there were also associations between irritability and
depression. Irritability was found to be positively correlated with depression in the study by
Litvan et al. (1998) using the NPI. Additionally, Nimmagadda et al. (2011) also found
irritability (both IDA-inward and IDA-outward) to be significantly positively associated with
depression as measured subjectively by the IDA-D and objectively by the MADRS.
However, these correlations did not persist when irritability was informant reported as
measured by the BIS. Nimmagadda et al. (2011) did however note that this difference could
be due to informants not recognising irritability in people with HD struggling with
depression. This idea would be supported by the finding that the IDA-inward irritability
score showed a stronger correlation with the depression score on the MADRS, suggesting
people with depression in HD may internalise irritability and thus hide it from those around
them. Interestingly, evidence suggests that a history of depression (van Duijn et al., 2014)
and bad temper (Burns et al., 1990) may increase the likelihood of people with HD

experiencing irritability.

Treatment options for irritability in HD



1-22
IRRITABILITY IN HUNTINGTON’S DISEASE

Additionally, it is also important to examine whether irritability can be improved in
people with HD. Three papers looked at the treatment options for irritability in HD
(Bouwens et al., 2015; Groves et al., 2011; van Duijn, 2010). Groves et al. (2011) examined
the treatment of irritability in HD using an HD irritability survey developed for their research.
Indeed, the evidence should be understood in the context in which it was gathered, i.e. by
expert opinion rather than through a randomised control trial (RCT), and is therefore a lower
level of evidence. However, their survey revealed the use of a variety of pharmacological
treatments used to reduce irritability without any general consensus, particularly with regards
to treatment duration. However, there was some consensus provided by expert clinicians
with selective serotonin reuptake inhibitors (SSRIs) and antipsychotics (APDs) being the
preferred medication. Additionally, when considering that people with HD may also
experience other psychological difficulties, as discussed above, there were differences in the
selection of medication based on comorbidity. SSRIs were preferred when irritability
occurred with comorbid depression and anxiety whereas APDs were often used when

irritability occurred alongside aggression and impulsivity (Groves et al., 2011).

As such it may be suggested that SSRIs are used more when irritability co-occurs with
depression and APDs when irritability co-occurs with aggression. Indeed, given the
difference in usage by clinicians, it is possible that the medication used may actually be
having an effect on the comorbid psychological difficulty i.e. depression, as opposed to
irritability. Considering the correlations with other psychological difficulties it is possible
that this is the case and as such the treatment of these co-occurring difficulties is more
effective than aiming to manage the irritability. Consequently, it could be suggested that
irritability occurs as part of these other difficulties, i.e. depression and anxiety, and as such

does not represent a valid individual ‘symptom’ of HD.
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Interestingly, Bouwens et al. (2015), in a longitudinal study, found that the use of
APDs was associated with an increase in irritability over a two-year period. However, it
cannot be ruled out that APDs were initially used due to the presenting level of irritability as
opposed to increasing it. Indeed, this would concur with the evidence suggesting APDs are
the preferred choice of medication when anxiety co-occurs alongside aggression (Groves et

al., 2011).

Suggested neurological pathways for irritability in HD

Research has also examined the potential neurological pathways due to the little that
is known about the potential brain changes associated with the psychological aspects of HD.
Three studies included in this review investigated the underlying brain changes occurring in

HD (Gregory et al., 2015; Kloppel et al., 2010; van den Stock et al., 2015).

Van den Stock et al. (2015) found evidence of striatal atrophy and increased
irritability in the gene positive group compared to healthy controls. They looked at the
association between clinical irritability and experience of anger by correlating irritability
scores on the PBA-HD with functional MRI (fMRI) activation in people who were gene
positive, however not showing any motor symptoms. They found a significant positive
correlation between irritability and pulvinar activation concluding that the thalamic pulvinar
plays a key role in irritability in HD. Additionally, anger experience was associated with
hyper-activation of the emotion experience neurocircuitry. Therefore, it is possible that the
areas of the brain assumed to be activated as a result of experiencing irritability may instead

be activated by the experience of anger.

Kloppel et al. (2010) found higher levels of reported irritation were associated with
stronger activation of the amygdala in controls compared with pre-symptomatic gene carriers

for whom correlations were absent. They argue that inappropriate responses of the amygdala
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make pre-symptomatic gene carriers increasingly prone to psychological difficulties such as
irritability. Additionally, the involvement of the amygdala has also been found in research
investigating aggression, highlighting a potential link for the experience of negative emotions
such as irritability, anger and frustration more generally as opposed to being specific to

irritability.

Furthermore, comparing people with early HD with people with pre-manifest HD,
Gregory et al., (2015) found a significant negative correlation between irritability, as
measured by the PBA-HD, and fractional anisotropy across the whole brain with a decrease
in white matter microstructure. These findings were reversed in those closer to onset with
results being maintained following controlling for medication use. Additionally, they
suggested that due to the dominant involvement of the posterior tracts and left hemisphere it
is possible that the increase in irritability could be a result of cognitive overload.
Consequently, the evidence regarding the potential neural pathways seems unclear and

potentially confounded by other psychological and cognitive aspects.

Discussion

Following the review of research looking at irritability in HD, the validity of
irritability as a symptom in HD can now be assessed in terms of whether this is supported by

the research.

Considering that there is no gold standard for measuring irritability, cut off scores
used across research often vary and, as such, remain arbitrary (Reedeker et al., 2012). For
example, three studies using the irritability scale (Chatterjee et al., 2005; Kloppel et al., 2010;
Reedeker et al., 2012) used varying cut off scores of >15 and >14. Although the variation in
these is not great, there remains the potential for different results to be obtained. While

efforts have been made to reduce the impact of this on results, it seems that if irritability is to
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be considered a symptom of HD, there should be standardised measures and scores specific
for people with HD. However, difficulties with agreement regarding standardised measures

and clinical cut off scores seems to be perpetuated by the, still, lack of agreed definition.

Additionally, as a result of this lack of agreed definition, it has been acknowledged
that individual participants may have different understandings of irritability (Kloppel et al.,
2010). Therefore, people’s experience and understanding of what irritability comprises is
likely to differ as people attribute different behaviours to irritability. For example, some
people with HD may understand anger and aggression as a consequence of irritability

whereas others may not.

Indeed, it seems apparent that it is difficult to determine whether irritability is a
separate construct from those such as anger, aggression and agitation. For example, Paulsen
et al. (2001) found a high correlation between irritability and agitation (r = 0.81) suggesting
the same construct was being measured and as such irritability may not, as it is currently, be a
valid independent symptom of HD. This difficulty in discriminating between irritability and
anger does not seem surprising when measurement is taken into account. For example, the
NP1 was used in a number of studies in the current review (Litvan et al., 1998; Paulsen et al.,
2001), in which the item for irritability is ‘does the patient have sudden flashes of anger’
(Cummings et al., 1994). As such, in the study by Paulsen et al. (2001) a positive correlation
between agitation and irritability may be expected as a result of the measure used to assess
irritability. Siemer’s (2009) dispositional theory of moods assumes that moods dispose
people to appraise events/situations in an emotionally congruent manner. It may therefore be
suggested that irritability may predispose an individual to become angry or make angry

appraisals, consistent with how they are currently feeling.
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Additionally, irritability has been shown to positively correlate with anxiety (Litvan et
al., 1998; Paulsen et al., 2001) and depression (Litvan et al., 1998; Nimmagadda et al., 2011).
The findings indicate the potential for irritability to result from feelings of anxiety and
depression or vice versa as opposed to it being an independent construct. Certainly it has
been suggested, in irritability research in young people, that higher levels of irritability

predict aggression, anxiety and depression in early adulthood (Leibenluft & Stoddard, 2013).

Interestingly, a factor analysis showed irritability to be an independent factor
(Craufurd et al., 2001). However, aggression was located within this factor which may
suggest these two constructs are not independent and that aggression occurs as part of
irritability, potentially as an external expression. Furthermore, irritability has been noted to
be “viewed as a decreased threshold for experiencing frustration” (Deveney et al., 2013,
p.1187). As irritability is often elicited through tasks which induce frustration, it is possible
that irritability is the expression of multiple frustrations which are likely to differ between
people. Subsequently, irritability may be the result of people struggling to regulate their
emotions and behavioural responses, whereby if frustrations become too much, anger and

aggression follows.

Additionally, from the research reviewed here, the concept of irritability does not
seem to have predictive validity. Of the ten papers that investigated irritability across disease
stage, seven did not find a difference suggesting irritability is not part of the disease process.
Similarly, in those that did find a difference across disease stage, this was only found for the
earlier disease stages. Therefore, irritability did not follow the course of degeneration, while
difficulties such as apathy did (Kingma et al., 2008). Consequently, irritability may not be a

valid predictor of a person’s experience of HD or the impact HD has on a person.
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Indeed, this review has highlighted the variation in assessment tools and clinical cut
offs used to assess irritability in HD. As such, it may be suggested that irritability is unlikely
to be consistently measured. Considering the differences used in practice and research,
where one person may be assessed as being ‘irritable’ by one measure, they may not be by
another. Consequently, it seems that irritability needs clear definition. Considering the
experience of irritability may differ in the context of HD, it is possible that irritability needs

to be understood and defined specific to this clinical population.

Additionally, assessing psychological difficulties in HD may be difficult as a result of
the co-occurrence of physical, motor and cognitive difficulties (van Duijn et al., 2014).
Consequently, consideration needs to be given to confounding factors which may contribute
to a person’s experience of irritability to determine what the most appropriate form of support
may be. For example, treating irritability in HD in the same way as in the general population
or different clinical populations may not be effective if confounding factors, potentially

impacting on a person’s level of irritability, are ignored.

Limitations and future research

This review, however, does have limitations. Firstly, the review only included articles
that were published in English. Secondly, due to the broad nature of a scoping review, and
the lack of a specific question to be answered, a general overview of the literature regarding
irritability in HD is presented. Consequently, more specific systematic reviews may be

required in order to understand the various aspects of irritability in HD in more depth.

Future research needs to consider how irritability is understood in the context of HD.
This may include further investigation into the neural pathways and circuitry associated with
irritability and considering whether areas are, in fact, central to irritability or other potentially

associated constructs such as anger. Furthermore, consensus should be sought regarding the
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measures used to assess irritability in HD, considering whether different measures do assess

the same construct or variations of it.

Conclusions

Considering the available literature, there is currently no one satisfactory definition of
irritability within the context of HD. Indeed, considering the correlates of irritability,
including depression, apathy and anxiety, it may be suggested that these may provide more
meaningful information about a person’s experience. Additionally, current treatment options,
again appear designed to treat the comorbid psychological difficulties people experience
rather than specifically targeting irritability. Furthermore, with regards to understanding the
aetiology of irritability in HD, the research remains unclear both in terms of the biological
nature and aetiology of irritability and the associations with other psychological difficulties
that co-occur. Irritability may have cognitions associated with how a person feels when
irritable which may subsequently lead to the overt expression of irritability as anger.
Therefore, measures need to capture the associated behavioural, cognitive and affective

dimensions (Eckhardt, Norlander & Deffenbacher, 2004).

Indeed, the evidence presented makes it difficult to conclude whether irritability in
HD is a valid concept, with conflicting results being found. Certainly, some research has
shown irritability to have convergent validity (Litvan et al., 1998; Paulsen et al., 2001) while
other research has indicated that irritability discriminates from other constructs (Craufurd et
al., 2001; Rickards et al., 2011). Consequently, further research is required in order to fully
understand the impact irritability has on quality of life in people with HD to conclude that it

is a clinically meaningful symptom.
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Table 1

Summary of studies of irritability in HD

Citation Participants (N) Gender (N)  Age HD stage Irritability Other measures
(Mean) measures
Banaszkiewicz  HD patient- - 47.7 - UHDRS-b HAM-D
etal. (2012) caregiver dyads (80)
Berrios et al. HD (26) Female (10) 37.8 People with HD IRR PER, BDI, CFQ,
(2001) Male (16) SIGNAL, MOC, DIS,
STAI & STAI2
Berrios et al. Gene carriers (32) Female (56)  46.7 Asymptomatic IRR PER, BDI, CFQ,
(2002) Non carriers (66) Male (42) SIGNAL, MOC, DIS
Bouwens etal.  Mutation carriers Female (49) 49 Pre-motor symptomatic  Irritability Scale PBA
(2015) (90) Male (41) (25) (Chatterjee) UHDRS
Motor symptomatic
(64)

Burns et al. HD Gene carriers Female (29) 48.3(HD) - Irritability/Apathy  Yudofsky Aggression
(1990) (26) Male (28) 70.3 (AD) Scale (developed  Scale

Alzheimer’s disease for this research)

(31)
Chatterjee et Gene carriers (53) Female (21) 48.2 - John Hopkins BDI
al. (2005) Caregivers (53) Male (32) Irritability Apathy Scale

Questionnaire MMSE

Craufurdetal. Gene carriers (134) Female (71) 50 Various UHDRS, PBA-
(2001) Male (63) HD
Gregory et al Gene carriers (45) Female (49) 46 Pre-symptomatic (39) PBA HADS
(2015) Pre-manifest HD Male (35) Early symptomatic (45)

(39)
Groves et al. Physician leaders - - - - -
(2011) from HD (55)

speciality centres
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1-39

Hubers et al. Gene carriers (2106
at baseline, 945 at

follow-up) Male (1072)

Motor symptomatic UHDRS-b

Julien et al. Gene carriers (89)

Non carriers (115)

Female (123)

Kingma et al. Non-carriers (56)

Gene carriers (152)

Female (114)

Pre-symptomatic gene
carriers (55)

Early symptomatic (47)
Advanced symptomatic

UHDRS-m

Kirkwood et al. Gene carriers (12)

Non-carriers (31)

Female (28)

Abbreviated
MMPI (irritability

Pre-symptomatic (12)
Non-carriers (31)

Kirkwood et al. Female (384)

Non carriers (363) Male (154)

414

Pre-symptomatic (149)  Abbreviated

Manifest HD (26)
Irritability scale
(content analysis

of MMPI items)

Kloppel et al. Gene carriers (16)

Controls (15)

Female (16)

39.3
40.4

Pre-symptomatic

Irritability
Questionnaire

BDI
BIS-11
STAI

Litvan et al.
Progressive
Supranuclear Palsy

43.8 (HD)
66.6 (PSP)

Various stages

UHDRS

PWHD & their
carers (30)

Nimmagadda
etal. (2011)

Female (14)

49.17

Genetically confirmed

BADS
MADRS
UHDRS-m
STAI
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Paulsen et al. HD (52) Female (27) 45.5 Various NPI UHDRS
(2001) Caregivers (52) Male (25)
Pflanz et al. HD (86) HD: Various Present State -
(1991) Male (17) Examination (9"
Female (20) Ed.)
Deceased:
Male (17)
Female (32)
Reedeker etal. Gene carriers (130) - - - IS UHDRS-m
(2012) Non carriers (43) PBA CIDI
Informants (158) UHDRS-b
Rickardsetal. People with HD - - - UHDRS-b -
(2010) (1690)
Thompson et People with HD Female (41) 49 Clinically diagnosed PBA-HD -
al. (2002) (82) Male (41) HD UHDRS-b
Thompson et HD (111) Female (68) 48 Clinically diagnosed PBA-HD -
al. (2012) Male (43) HD
Van den Stock  Gene carriers (20) Female (23) 37.5 Pre-manifest PBA-HD UHDRS
et al. (2015) Non carriers (20) Male (17) BDI
STAI
Van Duijn. Review of treatment - - - - -
(2010) studies
Van Duijn et HD (121) - - Pre-symptomatic =46  PBA -
al. (2013) Symptomatic = 75
Van Duijn et Gene carriers Female (977) 50.3 Early and mid-stage UHDRS-b -
al. (2014) (1993) Male (1016)
Vassos, Panas, Gene carriers (29) Female (37) 34.2 - UHDRS MOC
Kladi & Non-carriers (35) Male (27) SIS
Vassilopoulos HDHQ

(2007)
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Note: AD = Alzheimer’s disease; BADS = Behavioural Assessment of Dysexecutive Syndrome; BDI = Beck Depression Inventory; DIS =
Dissociation Questionnaire; CFQ = Cognitive Failures Questionnaire; CIDI = Composite International Diagnostic Interview; HAM-D =
Hamilton Depression Rating Scale; HDHQ = Hostility & Direction of Hostility Questionnaire; IRR = Snaith’s Irritability Scale; IS = Irritability
Scale; MADRS = Montgomery & Asberg Depression Rating Scale; MMPI = Minnesota Multiphasic Personality Inventory; MMSE = Mini-
Mental State Exam; MOC = Maudsley Obsessive-Compulsive Questionnaire; NP1 = Neuropsychiatric Inventory; PBA = Problem Behaviours
Assessment; PER = Personality Deviance Scale; SIGNAL = Signal Detection Memory Test; SIS = Snaith Irritability Self-Assessment Scale;

STAI & STAI2 = Spielberger Anxiety scales; UHDRS = Unified Huntington’s Disease Rating Scale
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Table 2

Results of studies of irritability in HD

1-42

Citation Aim Results
Banaszkiewicz ~ To identify determinants of Irritability is not significantly associated with disability.
etal. (2012) quality of life, functional
disability and caregiver
burden.
Berrios et al. To investigate the Compared with available norms, participants showed increased levels of ‘outward
(2001) relationship between irritability’. No significant correlation with irritability and CAG repeat length.
psychiatric profile and CAG
repeats.
Berrios et al. To compare psychiatric Significant difference in inward and outward irritability between GC and NC, with irritability
(2002) profiles of gene carriers and  being higher in GC. Factor structure: inward and outward irritability were included within

non-carriers.

the ‘personality’ factor.

Bouwens et al.
(2015)

To investigate the course and
temporal relationship
between irritability and other
psychological difficulties.

No significant increase in irritability from baseline to follow-up. At baseline 33% of people
with HD were irritable, with 70% of those remaining irritable at 2-year follow-up. Of those
who were not irritable at baseline 23% developed irritability at 2-year follow-up.
Multivariate regression model showed an association between increase in apathy and an
increase in irritability. Continuous use of antipsychotics associated with an increase in
irritability.

Burns et al. To compare irritability, No significant difference in irritability or apathy between the HD and AD groups. HD group
(1990) aggression and apathy in were significantly more aggressive than the AD group and aggressive outbursts lasted longer
people with HD with people  in the HD group. Irritability, apathy & aggression were independent of each other in both
with AD. groups. Irritability correlated positively with bad temper in the HD group but there was no
correlation in the AD group.
Chatterjee etal.  To examine agreement No significant difference in report of irritability between PwHD and caregivers. No
(2005) between people with HD and  difference in BDI scores. Difference in apathy scores between the two groups.

their caregivers regarding
presence of irritability,
apathy and depression.




IRRITABILITY IN HUNTINGTON’S DISEASE

1-43

Craufurd et al.
(2001)

To understand behavioural
abnormalities in HD and
develop a method of
assessing these changes.

Irritability present in 44% of sample (severity rating of 2 or more). Three factors obtained
from factor analysis: 1 - apathy; 2 - irritability; 3 - depression. Irritability difficulties
occurred more frequently in people with HD with an illness duration of 6-11 years.
Irritability factor showed no correlation with duration of illness or CAG repeat length.

Gregory et al
(2015)

Investigate structural
connectivity and changes
associated with depression,
apathy and irritability in HD.

Significant difference in irritability between the two groups. Significant negative correlations
between irritability score and fractional anisotropy which was dependent on cumulative
probability to onset.

Groves et al.
(2011)

To provide direction for the
management of irritability in

HD.

SSRIs were most frequently used to treat mild to moderate irritability in HD. Antipsychotics
(APD) were more commonly used in Europe to treat mild to moderate irritability than in
North America & Australia. SSRIs used when irritability occurred with comorbid depression
and anxiety. APDs used when irritability occurred with aggression and impulsivity.

Hubers et al.
(2013)

To investigates predictors
and correlates of suicidal

ideation in HD.

Baseline presence of irritability significantly correlated with suicidal ideation — those with
suicidal ideation were more irritable than those without. Multivariate analyses indicated
irritability was not an independent correlate of suicidal ideation. At follow-up, irritability was
not a predictor of suicidal ideation in HD.

Julien et al.
(2007)

To compare the prevalence of
psychological difficulties in
pre-symptomatic gene
carriers and non-carriers and
to look at the relationship
with proximity to onset.

Gene carriers reported a greater prevalence of ‘manic’ symptoms (11%) compared with NGC
(4%) — in every case irritability was reported. Irritability was increased in gene carriers up to
10 years prior to clinical onset but not in those further from onset. No significant relationship
between proximity to onset and irritability within the 10 year period.

Kingma et al.
(2008)

To investigate the
behavioural difficulties in

HD.

Factor analysis revealed 3 components: irritability, apathy and depression. All mutation
carriers showed significantly more irritability, apathy & depression than non-carriers. No
significant difference in irritability between ASGC and other disease stages. No significant
relationship between irritability and depression or apathy.

Kirkwood et al.

(2002a)

To examine whether
longitudinal changes in
personality can be detected in
pre-symptomatic gene

carriers.

Greater increase irritability and clinical hostility observed over time in the PSGC group
compared with NGC. No correlation between number of CAG repeats and irritability in both
groups.
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Kirkwood et al.

To investigate whether

No significant difference in MMPI scores across groups. No significant difference in

(2002b) psychological difficulties can irritability across the three groups and no association with proximity to onset.
be detected in pre-
symptomatic HD.
Kloppel et al. To examine the emotional No significant difference in irritability between PSC and controls. Companions ratings did
(2010) neurocircuitry associated not differ from those of the PSC. Ratings on the SIS were within normal range apart from 1
with irritation, PSC. Negative emotions positively correlated with SIS & BIS-11.
Litvan et al. To compare neuropsychiatric  Irritability influenced the total NPI score in PwHD. PwHD scored significantly higher on
(1998) aspects of HD compared with agitation, irritability and anxiety while those with PSP scored higher for apathy. In PwHD,

PSP.

agitation was correlated with anxiety, irritability, disinhibition and euphoria. Irritability was
associated with anxiety, disinhibition, euphoria and depression. Logistic regression analysis

indicated PwHD are more likely to exhibit hyperactive behaviour. People with PSP are more
likely to exhibit hypoactive behaviour.

Nimmagadda et

To investigate the association

Both inward and outward irritability were significantly positively associated with MADRS

al. (2011) of irritability in HD with scores, STAI state and trait anxiety scores. BIS scores were positively associated with STAI
other psychological trait scores and both outward and inward irritability scores on the IDA. Negative correlation
constructs and movement between irritability scores and the UHDRS.
disorder.

Paulsen et al. To use the NPI to Irritability endorsed in 65.4% of sample. NPI - High correlation between irritability &

(2001) characterise neuropsychiatric ~ agitation indicating two scales are measuring the same construct. Irritability also correlated
symptoms in HD. with anxiety and disinhibition.

Pflanz et al. To determine the range and Irritability present in 64% of cases and was the 2™ most common difficulty. Irritability

(1991) frequency of psychological occurred between 0-3 years prior to onset of motor symptoms. Loss of interest and

difficulties in HD.

concentration correlated with irritability.

Reedeker et al.
(2012)

To investigate the
psychometric properties of
the Irritability Scale against
the PBA irritability factor to
establish a reliable cut off.

Irritability significantly higher in MC (35% irritable) than NC (9% irritable). 28% of MC
considered irritable according to IS-self and informant scales. 50% considered not irritable
according to both scales. For the remaining 23% there was disagreement between
participants and informants (18/27 reported selves as not irritable but their informant did).
Irritability independently correlated with benzodiazepine use.

Rickards et al.
(2010)

To perform a factor analysis
on completed UHDRS-b

Factor analysis indicated that irritability is a distinct ‘psychiatric symptom’ in HD.
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assessments.

Thompson et al.

(2002)

To investigate how
behavioural change in HD
relates to other indices of
disease severity.

Depression & irritability subscales poorly correlated with functional capacity, motor
impairment & cognition. Apathy was significantly correlated. UHDRS-b score significantly
correlated with PBA-HD depression & irritability subscales. UHDRS irritability scale
significantly correlated with irritability subscale of the PBA-HD.

Thompson et al.

(2012)

To evaluate the prevalence of
neuropsychiatric difficulties
in HD over time.

Irritability common with a prevalence ranging from 49-83%. Longitudinal analysis showed
an increase in irritability over time with a significant linear effect in those who entered the
study at stage I and Il but not in those who entered at stage |11 of HD.

Van den Stock

Identify structural and

Irritability significantly higher in GC vs NC.

et al. (2015) functional brain changes

underlying irritability in pre-

manifest HD.
Van Duijn. To review the treatments of ~ Suggests use of an SSRI as a first choice medication to manage irritability in HD or a mood
(2010) irritability. stabiliser. An alternative would be an antipsychotic. Behavioural or other psychotherapeutic

interventions should be considered.

Van Duijn et al.

(2013)

To investigate the
progression of irritability,
depression and apathy in HD
over a 2-year follow up.

2-year follow-up: No significant change in irritability. Associations between PBA factor
scores and UHDRS-m: as UHDRS-m score increased so did the PBA irritability factor. In
pre-symptomatic group, strongest relationship was between an increased UHDRS-m score
and increased irritability score. At follow-up 15 of the pre-symptomatic group were
symptomatic. No significant increase in irritability compared with those who remained pre-
symptomatic.

Van Duijn et al.

(2014)

To examine the occurrence
and correlates of
neuropsychiatric symptoms
in HD.

61.4% of HD mutation carriers scored ‘no irritability’, 24.7% scored ‘mild irritability’ and
13.9% scored ‘moderate/severe irritability’. The prevalence of moderate/ severe irritability
increased by stage of disease from 10.4% at stage 1 to 19.6% at stages 4-5. Irritability
independently correlated with male sex, younger age, a history of depression, psychosis and a
previous suicide attempt.

Vassos, Panas,
Kladi &
Vassilopoulos
(2007)

To distinguish which
behavioural and psychiatric
features differentiate gene
carriers with non-carriers.

No significant difference in irritability between GC and NC. Higher extroverted hostility in
GC than in NC. Overlap between the two groups suggests extroverted hostility may not be
pathologic in GC.
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Table 3

Measures of irritability in HD

Measure Description Reliability
Burns Irritability Scale Measures irritability and Internal consistency: Convergent:
(BIS; Burns, Folstein, apathy according to carer’s - lrritability: a = 0.82 - Psychogeriatric
Brandt & Folstein, 1990) ratings and does not - Apathy: a=0.78 Dependency Rating Scale: r
include subjective Inter-rater’: =0.87

experience. It uses a 5-
point scale assessing the
presence of irritability
ranging from “never” to

- Whole interview: k = 0.98

- lrritability: k = 1.00

- Apathy: k =0.85
Test-retest:

“always”. - Whole interview: k = 0.88
- lrritability: k= 0.81
- Apathy: k =0.76
Irritability, depression, Scale assessing irritability,  Inter-rater:

anxiety scale (IDA; Snaith, depression and anxiety to

Constantopoulos, Jardine & be used within clinical

McGuffin 1978) context. Irritability
understood as a temporary
psychological state.
Includes 8 irritability items

- Outward irritability: r = .87-.90
- Inward irritability: r =.74-.90

- Depression: r =.80-.90

- Anxiety: r =.75-.80

Split-half:
- Outward irritability: r =.77,
.80, .88
- Inward irritability: r = .70, .92,
93

Depression: r =.72, .77, .81
Anxiety: r = .74, .80, .87

Irritability Questionnaire Subjective measure of
(IRQ; Craig, Hietenan, irritability. Consists of 21

Internal consistency: Convergent:

- Global: a=0.90 - Trait anger scale: r =0.72

! Looked at the presence or absence of irritability.
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Markova & Berrios, 2008)

items assessing the
frequency and severity of
irritability with each
individual item score
ranging from 0-3.

Split half =0.78
- Frequency: a =0.90
Split half = 0.77
- Severity: o =0.89
Split half = 0.58
Retest reliability: r = 0.82

- State anger scale: r =0.58
- IDA outward: r = 0.58

- IDA inward: r = 0.49

- BIS:r=0.37

John Hopkins Irritability
Scale (Chattergee,
Anderson, Moskoqitz,
Hauser & Marder, 2005)

Objective measure
(informant-report) of
irritability. Consists of 14
items pertaining to
irritability with the range
of all possible scores being
0-42 to assess the presence
of irritability.

No data available

No data available

Problem Behaviours
Assessment — Huntington’s
disease (PBA-HD;
Craufurd, Thompson &
Snowden, 2001)

Semi-structured interview
measuring behavioural
difficulties in HD
including the presence,
severity and frequency.

Inter-rater:

- Severity: r =0.86

- Frequency: r =0.84
Internal consistency: a = 0.67
Test-retest:

- Severity: r =0.94

- Frequency: r =0.92

Unified Huntington’s
Disease Rating Scale
(UHDRS; Huntington
Study Group, 1996)

Assesses difficulties in
motor, cognitive,
functional and behavioural
domains. The behavioural
section measures the
frequency and severity of
difficulties related to
affect, thought content and
coping styles.

Internal Consistency:
- Behavioural: a = 0.83
- Motor: a=0.95
- Cognitive: a = 0.90
- Functional: a = 0.95

Divergent (Behavioural Total):

- Motor: r =-0.10
- Total Functional Capacity: r
=-0.07
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Abstract

Aim: This study sought to investigate how people with Huntington’s disease (HD)
understand and experience psychological distress in HD and their expectations of

psychological therapy.

Method: A qualitative methodology was adopted involving semi-structured interviews and
interpretative phenomenological analysis (IPA). A total of nine participants (five women and
four men) who had opted in to engage in a trial of mindfulness-based cognitive therapy
(MBCT) were recruited and interviewed prior to the MBCT trial. Interviews were
transcribed verbatim and analysed using IPA whereby themes were analysed within and

across transcripts and classified into superordinate themes.

Results: Three superordinate themes were developed: Attributing psychological distress to
HD: *“you’re blaming everything on that now’’; Changes across time: *“in the past you’d just

get on with it””; Therapy instils hope and fight: ““a light at the end of the tunnel”.

Conclusion: Understandings of psychological distress in HD ranged from biological to
psychological explanations, with both often being accepted simultaneously by the same
individual. Individual experience seemed to reflect a dynamic process whereby people’s
understanding and experience changed over time. Psychological therapy was accepted as a
positive alternative to medication, providing people with HD with hope that their

psychological wellbeing could be enhanced.

Keywords: Huntington’s disease; psychological difficulties; psychological therapy,

mindfulness based cognitive therapy



2-3
PSYCHOLOGICAL DISTRESS IN HUNTINGTON’S DISEASE

Understandings of psychological difficulties in people with Huntington’s disease and their

expectations of psychological therapy

Huntington’s disease (HD) is a chronic neurodegenerative disease which causes
problems with movement, coordination, cognitive functioning, and is often also associated
with a number of different emotional difficulties. It is suggested that around five to ten per
100,000 people are affected (Kay, Fisher & Hayden, 2014) and as HD is a genetic disease
with a 50% chance of inheriting the affected gene from a parent with HD, people with HD
have often seen their parents affected by the disease (Kremer, 2002). People are generally
diagnosed between the ages of 35-55 years with a life expectancy of around 15-20 years after
diagnosis (which is usually given upon the onset of motor symptoms; Keenan, Simpson,
Miedzybrodzka, Alexander & Semper, 2013). Considering the age at which people may be
diagnosed with HD it may be reasonable to view this as a “disruptive event’ (Bury, 1982) in
which people are required to re-evaluate the trajectory of their life and attempt to adjust

accordingly.

For people with a family history of HD, and who are subsequently at risk, predictive
testing can be carried out prior to an individual showing any symptoms (Novak & Tabrizi,
2010). This will indicate whether or not a person will go on to develop HD in the future.
Additionally, a diagnostic test is performed once a person presents with problems indicative
of HD (Novak & Tabrizi, 2010). It is important to consider the psychological and emotional
implications attached to accessing these tests and the results, given that someone receiving a
positive test will go on to develop HD (Meiser & Dunn, 2000). For an individual who
receives a positive predictive test, they are left knowing there is no cure but with the
uncertainty of when and how the disease will begin to progress. However, some people find
this uncertainty more tolerable than the uncertainty of not knowing whether they have

inherited the affected gene (Novak & Tabrizi, 2010).
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People with HD often experience emotional difficulties. The most common include
depression, anxiety, apathy and irritability (Kirkwood, Su, Conneally & Foroud, 2001) and
these have the potential to impact on quality of life, perhaps even more so than motor
problems or cognitive impairment (Ho, Gilbert, Mason, Goodman & Barker, 2009). It has
been argued that difficulties with mood, such as depression, are often one of the earliest signs
of HD preceding motor difficulties (Pla, Orvoen, Saudou, David & Humbert, 2014). High
levels of depression in HD, ranging from 33-69% (see van Duijn, Kingma & van Der Mast,
2007 for review), have become expected as a result of the understanding it has a biological
origin, the potential for cognitive impairment and the 50% risk of passing the gene on to
children (Paulsen et al., 2005). Moreover, depression is observed most often in HD when the
HD starts to impact on an individual’s functional capacity and independence (Paulsen et al.,

2005).

In addition, anxiety also co-occurs alongside depression. In a systematic review, Dale
and van Duijn (2015) found that anxiety was present in between 13% to 71% of people with
manifest HD. Additionally, there was no significant difference between people with manifest
(presence of motor symtoms) and pre-manifest (confirmation of HD gene but motor symtoms
currently absent) HD in levels of anxiety. The presence of anxiety in HD may be a result of
environmental stressors whereby people may become overwhelmed by their situation as well
as tasks that may have previously required little attention (Hoffman,1999). Indeed, elevated
levels of anxiety were found to be present in those who were gene positive, both close to and

far from onset (Duff, Paulsen, Beglinger, Langbehn & Stout, 2007).

Furthermore, irritability is commonly reported in people with HD and has been shown
to be present in up to 50 percent of people with HD (Craufurd, Thompson & Snowden, 2001;
Dewhurst, Oliver, Trick & McNight, 1969). Indeed, irritability, alongside anxiety and

depression, is noted to be a core psychological feature of HD at the pre-symptomatic stage
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(Kloppel et al., 2010); it is argued to cause significant distress, not only to the person with
HD but to those around them such as family members and carers (Nimmagadda, Agrawal,
Worrall-Davies, Markova & Rickards, 2011). However, Kingma et al. (2008) found that
depression and irritability are not linked to stage of disease with similar levels found in those
at pre-, early and advanced stages indicating that people with HD may experience these for
many years and subsequently need support throughout the progression of the disease.
Similarly, Nimmagadda et al., (2011) suggested that irritability was related to the behavioural

and affective difficulties in HD rather than the progressive motor and cognitive difficulties.

The dominant perspectives within the HD field are to look for largely biological
determinants of distress. For example, many researchers take the view that psychological
difficulties occur as a result of biological factors whereby neural mechanisms in the brain are
affected by HD which then subsequently affect mood (Paulsen et al., 2005). Indeed,
Kowalski, Belcher, Keltner and Dowben (2015) summarised that depression, one of the most
common psychological difficulties in HD, “appears to be a direct neurological consequence

of the brain condition, rather than a psychological reaction to this serious illness” (p.159).

However, psychological distress can also be understood from different perspectives
within the broader field of chronic illness research and this is starting to influence how
distress in HD can be understood. For example, evidence suggests that psychological factors
such as what people believe about the illness and coping strategies are also influential in
predicting psychological distress and well-being in people with HD (Arran, Craufurd &
Simpson, 2013; Kaptein et al., 2006). A reaction to the onset of a disease such as HD may
explain the occurrence of depression in HD (Pla et al., 2014). Similarly, Julien et al. (2007)
also proposed that difficulties such as depression are reactive and indicate an emotional

response to the awareness of future motor impairment.
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Perhaps not surprisingly given the dominance of biological accounts, medication such
as anti-depressants are often used to manage psychological difficulties in HD (Craufurd &
Snowden, 2011). However, regardless of its efficacy, medication may not always be the
preferred option for people with HD as they have to manage the potential side effects of
medication (Aubeeluck & Wilson, 2008) and how this can impact on their own drug regimes.
Consequently, psychological interventions may provide an alternative or additional way to

reduce distress.

Currently, little evidence exists of the acceptability and efficacy of psychological
approaches for people with HD. However, in another neurodegenerative disease, Parkinson’s
disease (PD), there is increasing evidence to support the use of psychological interventions
for low mood and anxiety in this population (see Charidimou, Seamons, Selai & Schrag,
2011, for a review). Such approaches include mindfulness-based cognitive therapy (MBCT;
Fitzpatrick, Simpson & Smith, 2010) and cognitive behavioural therapy (CBT; Dobkin et al.,
2011). However, currently no trial has been conducted evaluating a psychological therapy in
people with HD. Clearly, then it could be useful to assess whether psychological

interventions are seen as potentially beneficial.

As a result, this study adopted a qualitative methodology in order to obtain detailed
accounts of people with HD’s understanding and experience of psychological difficulties and
expectations of psychological therapy. Given the dominance of biological accounts for
psychological problems, at least within the scientific and clinical community, it was
considered important to understand whether beliefs about cause of distress and the possibility
of therapy would be consistent. In order to address this, semi-structured interviews were
conducted and analysed using interpretative phenomenological analysis (IPA; Smith &

Osborn, 2003). Due to the inductive nature of this analytic approach it was possible to gain
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insight into the lived experiences of individuals and as such is appropriate to understand how

people with HD perceive and experience psychological distress and psychological therapy.

Consequently, this study aimed to investigate individuals with HD’s understanding of
psychological difficulties in HD and their views of psychological therapy. Participants were
recruited from those due to take part in a trial of MBCT and therefore the study focused on
people’s knowledge of psychological therapy, as well as their hopes and expectations of a

psychological approach.

Method

Design

The study employed a qualitative methodology to obtain participants’ understanding
of psychological distress and the opportunities offered by psychological therapy in the
context of HD. IPA (Smith & Osborn 2003) was used to analyse the data. IPA is widely
used in psychological research and aims to explore how people understand and make sense of

their experiences within their personal, and social world (Smith, Flowers & Larkin, 2009).

Participants

People with HD were eligible to take part. Participants with HD were recruited from
an ongoing MBCT trial (Clinicaltrials.gov: NCT02464293) of which a summary can be seen
in Appendix 2-A. To be included in the MBCT trial participants had to meet the following
criteria: confirmed CAG expansion on the huntingtin gene; be a gene carrier and either be
pre-symptomatic or at an early stage; have clinical signs of low mood or depression as
identified in their clinical notes or other information recorded at their last clinic visit; be aged
18 years or over; and have not had any changes in their medication six weeks prior to the start

of the MBCT trial. Participants were excluded if they had current active suicidal intent.
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In the current study all participants were required to understand and be able to speak
English and be aged 18 or over. Nine participants, out of a potential 11, agreed to take part.
All participants were people with the HD gene and pre-symptomatic (prior to the onset of
motor symptoms), five of whom were female and four male. Participants were aged between
24-56 years with the time since receiving confirmation of the HD gene ranging from 1-17
years. Additionally, six participants were taking antidepressant medication and four

participants had previous experience of psychological therapy.

Recruitment

Recruitment took place prior to participants commencing the MBCT course. MBCT
is an eight-week group therapy developed by Segal, Williams and Teasdale (2002) which
teaches mindfulness skills through a range of practices with the aim of preventing the
reoccurrence of depression (Gu, Strauss, Bond & Cavanagh, 2015). Currently, MBCT is

being piloted for individuals with HD with the aim of alleviating psychological distress.

Potential participants were initially introduced to the research face to face via a
member of the research team from the MBCT trial. Participants were provided with a
participant information pack which included a participant information sheet (see Ethics
Appendix 4-4) and consent to contact form (see Ethics Appendix 4-5) with a cover letter (see
Ethics Appendix 4-6). Participants interested in taking part completed the consent to contact
form during their initial meeting with the research team member for the MBCT trial. They
were then contacted, either by phone or email depending on their preferred method of
contact, by the principal researcher to discuss the study and consider if they would like to

take part.
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Data Collection

Data were collected via interviews guided by a semi-structured interview schedule
(see Ethics Appendix 4-2). However, further questions were asked which were sensitive to,
and guided by, the participants’ responses. All interviews were completed during October
2015. All interviews were conducted face to face and at a non-NHS location at a time
convenient for the participant. Interviews lasted between 45 and 65 minutes, with an average
duration of 54 minutes. At the beginning of each interview the principal researcher checked
that each participant had read the participant information sheet and went through the consent
form (see Ethics Appendix 4-7), offering participants the chance to ask any questions prior to
consenting to participate. All participants signed the consent form to participate and have

their interview audio recorded.

Prior to commencing the interview, the principal researcher explained the concept of
confidentiality, and its limits, to each participant and ensured they understood this. At the
end of each interview participants were debriefed and given time to ask any questions they
had about the interview process and subsequent analysis and write up. Each participant was

given a pseudonym to retain their anonymity.

Data analysis

All interviews were transcribed verbatim by the principal researcher and all personal
identifying information was removed. The interview transcripts were analysed using IPA,
following the stages outlined by Smith and Osborn (2003). IPA enables themes to be drawn
from the data to reflect the phenomenological understanding participants have of their
experiences and the meaning they ascribe to these (Smith & Osborn, 2003). For each
participant, their transcript was read then re-read with interesting comments relevant to the

research question being noted and used to develop emerging themes. An extract of a
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participant’s transcript with annotations and developing themes can be seen in Appendix 2-B.
Following this, emerging themes were then clustered together based on their apparent
similarities by copying the emerging themes into a table and giving each cluster a theme
name. This was done individually for each participant. Once this was complete, super-

ordinante themes were developed which best fit participants’ experiences.

Ethics

The study was reviewed and approved by the National Research Ethics Service
(NRES) and research governance approval obtained from the relevant hospital trust research

and development department.

Reflexivity

In order to ensure the quality of the of qualitative research, principles such as
sensitivity to context, rigour and transparency are important to consider (Yardley, 2000) and
attempts were made, in both the methodology and reporting of results, to adhere to these
principles. The principal researcher attended the MBCT group which enabled a more in
depth understanding of participants lives and as such the context in which they made sense of
their experiences. Additionally, as a result of attending the MBCT group a reflective diary
was kept throughout the research to support the process of reflexivity and ensure the
interpretations made were representative of the clients’ experiences. This noted information
obtained within the group, not provided by participants during the interviews, was bracketed
as much as possible to ensure transparency in what information was drawn on when

interpreting the data.

Furthermore, the researcher’s theoretical position is also important to consider. My
epistemological stance is that of a critical realist which assumes that the data gathered

provides us with an understanding of a phenomenon but that this is not a direct mirroring,
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rather it is influenced by both the context of the participant and context of the researcher

(Harper, 2011).

Results

Analysis of the data resulted in the development of three themes: Attributing
psychological distress to HD: ““you’re blaming everything on that now”’; Changes across
time: *“in the past you’d just get on with it””; Therapy instils hope and fight: ““a light at the

end of the tunnel”.

Attributing psychological distress to HD: “you’re blaming everything on that now”

All participants appeared to attribute their psychological distress to HD; however this
was from both a biological and psychological perspective insofar as they acknowledged the
potential contribution of both biological and psychological factors in causing their distress.
Most participants described, more fully, a biological understanding of psychological
difficulties in HD. It seemed as though people understood difficulties such as low mood,
anxiety and irritability as being part of the disease, resulting from brain changes that occured
due to HD: “I just assumed it’s because with Huntington’s it’s something that’s you know
thought will happen...so it was just a case of treating the depression as a biological thing”

(Sharon); “I think it’s definitely the biology of it [HD]” (Chris).

In terms of understanding how people adopted this perspective it seemed that this was
due to the discourse around psychological difficulties in the context of HD provided by the
health care professionals seen by participants. As Alice explained “they say they’re
[psychological difficulties] part of the symptoms...they say that when you get to a further
stage you’ll start to get a bit depressed”. As such, it seemed that this biological explanation
of psychological distress was acceptable to people with HD. Interestingly, with regards to the

explanations and information provided to people with HD, this seems understandable given
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that the healthcare professionals people had contact with were often medical professionals.
As such, participants were more frequently exposed to a medical understanding of

psychological distress in HD.

Furthermore, one participant explained why they held a biological understanding of
psychological distress: “It only makes sense when | think about it as part of the Huntington’s
biological thing” (Sharon). It seemed that this participant could only understand her
emotional experience from a biological perspective, as to her, nothing else in her life could be
responsible for it. Consequently, an explanation which removed the control from her over
her emotions was more acceptable as it seemed that if she had control over how she felt then
she would have already actively sought to change them. However, while this biological
attributional process seemed to be participants’ predominant experience there were also some

additional views.

In addition to a biological understanding, some participants also commented that they
were not confident as to the cause. There was an ambivalence which seemed to be driven by
a feeling that health care professionals did not fully know the cause of psychological distress
in HD. Lyndsey’s experience was that “they often say they don’t know if depression’s linked
to HD and that they don’t know either way”. It seemed that while participants were often
accepting of a biological understanding there remained some confusion and uncertainty with
Lyndsey going on to say “I said earlier 1 think it’s just the HD but I don’t. I think it’s both
[due to biological and psychological factors]”. Therefore, it seemed that being given the
space to reflect on their understanding and where this had originated, enabled
acknowledgement of the potential for psychological difficulties to occur in response to living
with HD. However, this psychological understanding seemed to be more implicit and subtle

resulting from a belief that a biological explanation could not solely explain psychological
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distress in HD. Consequently, it appeared that participants were amenable to the two

explanations existing in parralell.

Many participants seemed to experience HD as an uncertain and ambiguous condition
which indirectly influenced the interpretations people made about their behaviour: “now
everything’s illness and it doesn’t matter. You can’t get that out of your head really” (Chris).
Indeed, this uncertainty and ambiguity seemed to induce feelings of anxiety and/or low mood
for many participants. As such, many participants reported having undertaken genetic testing
to reduce the anxiety of not knowing whether they were gene carriers: “If 1 didn’t have the
test, I would feel anxious” (Sue) and “...1 think I’d have been probably down and upset about
it if I hadn’t have had the test and just sat in limbo not knowing” (Anna). However
confirmation of the gene seemed to result in further ambiguity with regards to living with
HD. This dilemma was highlighted by one participant’s experience: “it is that blessing and a
curse to get to know that something massive is gonna happen to you that’s not necessarily
going to be pleasant” (Sue). Furthermore, participants explained how they could not be
certain how and when they would be affected by the condition. This ambiguity was often

described to lead to feelings of anxiety and low mood.

No one can tell you what kind of symptoms you’re going to get. | suppose that
makes you a bit anxious because you don’t know ... And it’s like, very hard to,
you’ll never know definitely even at the time when stuff happens, it’s like he
[doctor] said it can be any way kind of thing, it’s not a set path which is really

hard. (Alice)

While psychological distress was not attributed to the biological nature of HD,
nonetheless, it was a result of living with HD. Additionally, despite not knowing

exactly what may occur for people in the future, feelings of anxiety and low mood were
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also triggered by an understanding that the experience of physical and psychological

difficulties was inevitable;

You know what’s coming because you’ve seen it ... you just worry about,
obviously you know what’s going to happen so that makes you feel a bit
depressed when you’re thinking about it and a bit anxious that you know what’s

happening. (Alice)

I suppose it does feel like a ticking time bomb but it’s meant to go on for quite a

long time. (Lyndsey)

It appeared as though both the ambiguity and inevitability of the potential difficulties
people could experience felt daunting. The anticipation of both physical and psychological
difficulties seemed to induce feelings of anxiety and helplessness resulting in low mood for
some participants. Additionally, many participants talked about their experience of
psychological distress, in particular anxiety, in the context of worrying about the genetic

transmission of HD.

You don’t really want to think about that type of thing because at the moment I’'m
quite selfish. I just think about myself and get on with my day. It’s almost like
you can’t cope with thinking about if the boys had it as well...but I always worry

about the boys getting it. (Chris)

For those participants with children, this seemed to provide an additional cause of
distress. It seemed that in order to manage this cause of distress avoidance was often used

due to an inability to control the situation.

Indeed, all participants described their experience of HD as removing control from
them which seemed to result in feelings of helplessness. One participant explained “...it

[HD] takes over at the end of the day, I can’t really do anything about it” (James). There was
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almost a sense of being resigned to the idea that people were in the hands of HD and had to
accept “that lack of control in your life that, really, you’re not master of your own destiny at
all despite what you might think” (Sue). This sense of helplessness was further highlighted
by Chris: “sometimes you just feel like you’re living on a sinking ship”. It appeared that
participants were very aware of the fact that there was currently no treatment or cure for HD

and as such there was nothing they could do, resulting in feeling out of control.

Changes across time: “in the past you’d just get on with it”

Further to people’s current understanding of their psychological difficulties, it seemed
that some participants’ experience of their difficulties had changed from prior to having the
HD gene confirmed, reflecting a dynamic process. Now participants attributed any instance
of psychological distress to HD “whereas in the past you’d just get on with it” (Chris) and
often would not pay much attention to becoming irritable or anxious. In particular, when
people started to experience difficulties following finding out about the HD gene, it seemed
that they were increasingly likely to attribute them to the biological progressive nature of HD:
“when something suddenly changes like that you think, you automatically think well the
cause might be HD” (Simon). Chris further explained that “you’ve got something to blame it
on now”, describing “if you’re tired it’s because of the gene, you know, if you get annoyed
it’s because of the gene”. This understanding was also described by Dave who commented
“the question is do I over analyse? If | weren’t thinking about it would my mind actually
bother about it? A couple of years ago | wouldn’t even have thought about it I would have
just brushed it off”. These comments reflect the idea that once people know they have the
HD gene, any difficulties are viewed through this lens and are subsequently attributed to HD.
However, prior to knowing about the gene they were likely to attribute their experience of

psychological distress differently and in some cases, ignore it or minimise it.
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Another specific change in attributional process for some participants regarded the
origin of emotional responses, and whether these were part of their personality or part of the
HD. As James explained “I don’t know if it’s probably the early signs of Huntington’s back
then or if it’s just part of me”. This conflict of understanding was further suggested by Sue
who talked about her experience of irritability and anger as “part of the condition” but went
on to say “but I’m a defensive person so that’s part of my personality”. Again, it appeared
that the additional lens of HD had provoked a re-assessment as to where experiences came

from and how they could be understood.

Again, participants also expressed the view that their experiences could be due to an
interplay of factors. Dave seemed to understand his psychological distress as being part of
his personality, however with the potential for HD to accentuate these: “I don’t think the
HD’s brought them on, I think I’ve had them anyway...it’s just I’ve always had them and
now they could get worse because of this”. Lyndsey similarly recognised longstanding
difficulties which had changed: “I’ve always been inclined to get a bit down but this is on a
completely different level”, which seemed to suggest that her experience of psychological
distress was enhanced in the context of HD. These comments highlight the process of change
in participants’ understanding of their experience. While people previously understood their
psychological distress to be a part of their personality, the knowledge of HD had altered their
understanding. As such there seemed to be an understanding that HD had increased previous
levels of anxiety and low mood. Furthermore, HD had not only influenced how participants
understood their present and future psychological distress but it had also influenced how they

viewed their past experience of psychological distress.

Conversely, one participant continued to see their experience of psychological distress
prior to and following confirmation of the HD gene as separate. On discussing experiencing

a period of depression prior to knowing about HD, Simon commented “I don’t attribute any
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of that to HD related stuff, that was really to do with work pressures”. This highlights a

situational and psychological understanding of his experience.

There certainly seemed to be an understanding from some participants that HD
had the ability to accentuate some of the negative aspects of a person’s personality.
Therefore, it seemed that while they acknowledged that some difficulties were almost
an inherent part of their personality, they believed that the HD may heighten some of
these personality factors. Interestingly, there was no mention of the impact of HD on
more positive emotional responses people experienced in their lives. In addition,
Simon understood personality to be a dynamic process in itself: “l mean everybody’s
personality is different and the problem is personality is changing”. Seemingly, Simon
understood personality as having the potential for change. It therefore seemed that it
may be hard to conclude the cause of psychological distress on the basis that
personality changes over time. Therefore, there appeared to be an understanding that
difficulties over time may have numerous potential causes and that while HD

progresses over time, so can other causes such as personality.

Therapy instils hope and fight: “a light at the end of the tunnel”

Most participants, while not having had any psychological therapy before, described
seeing the opportunity to engage in MBCT as positive. Most participants were not sure what
to expect but there seemed to be a hope that psychological therapy could support them to
manage and control the psychological difficulties they experienced: “I think for me it feels

that maybe there is a bit of a light at the end of the tunnel” (Lyndsey).

It also seemed that people felt that taking part in therapy was a means of fighting
against some of the difficulties HD could bring. This fight was articulated by Sharon who

commented: “I wouldn’t want to just be putting up with it if there was something I could do
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about it”, with psychological therapy providing the possibility of being able to play a role in
this. Furthermore, Simon explained “dealing with anxiety is important because it’s there
constantly...yep control of anxiety and worry is important”, again with the hope that

psychological therapy could contribute to this.

Six participants were on medication to help manage psychological distress. However,
it seemed that most participants preferred the idea of psychological therapy to medication.
This preference seemed to originate from the idea of medication being chemicals placed into
the body whereas psychological therapy, if helpful, could provide participants with an
alternative or additional approach to medication that was less intrusive: “I’d rather something
more natural than medication” (Alice). This was further emphasised by Simon who

commented:

The drugs out there at the moment are probably quite crude and may suppress
other things...So | think from my point of view anything you can, as it were, do
naturally and do by going through a process of erm, of psychological awareness

and you know exercises if you like and routines has to be a good thing.

It was apparent that, where possible and optional, people were engaging in the
therapy with the hope that this could provide them with an alternative, or in some cases
additional, approach to manage the psychological difficulties they currently
experienced and potentially may experience in the future. All participants talked about
how they did not have any particular expectations of psychological therapy, rather the
idea of accessing psychological therapy provided them with hope that their level of

psychological distress, either now or in the future, could be managed or reduced.

Despite the hope people had for psychological therapy to help them with the

psychological difficulties they experienced, due to their biological understanding of
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psychological difficulties in HD, there seemed to be some uncertainty as to how it might
help. Alice discussed how she was “not too sure” about how therapy could help “because
apparently everyone takes the tablets so | don’t know”. It seemed that people did not have
much information or understanding of psychological approaches, particularly within the
context of HD, and as such were not able to contemplate how it would be effective.
However, despite this uncertainty, the hope for psychological therapy to be beneficial to
participants was maintained: “even if it’s minimal the difference it makes, it still is worth

doing” (Sue).

There seemed to be an understanding that engaging in psychological therapy required
a certain mind set in order for the therapy to be beneficial, potentially as a result of the
uncertainty of how it may help. A number of participants used the term “open-minded” as a
characteristic they felt important when taking part. Dave explained “I’m always willing to
try new things” while James commented “I’m open-minded to it and see where it goes you
know, see what happens”. In part it seemed that this open-mindedness was required due to
information people had received regarding the biological nature of some psychological

difficulties:

I’m hoping I’ve got an open mind about it...because like I said we’re all kind of,
we’re told you know that things are a certain way and that’s you know kind of
what we have to deal with like you know, low mood and depression etcetera.

(Sharon)

Seemingly, while participants were hopeful that psychological therapy could help them
manage any psychological difficulties they experienced, there was an element of reservation
with regards to how much it could help. This was reflected in comments from some

participants who expressed an understanding and expectation that psychological therapy
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would have its limits, particularly as HD progressed: “there’s probably a limit to how far it
will go when it starts, you know, getting progressively worse...there’s probably a limit to

what it can do” (Chris).

In addition to being open-minded, there also seemed to be an understanding that
therapy would require effort on the part of the participant. The majority of participants
seemed committed to actively engaging with the therapy. Sue commented “I think I’ve got to
really make the effort” and Sharon explained “I’m going to do my best”. These comments
regarding therapy requiring effort, and the concept of being open-minded, potentially
refelected the dissonance between understanding psychological distress as a consequence of
the biological neurodegenerative process of HD and adopting a psychological approach in
managing this. When questioned regarding how participants thought a psychological
approach could help considering many adopted a biological understanding, participants
generally stuggled to provide an answer: “I haven’t a clue. That’s what I’m I’m a little bit
confused about, a lot confused about” (Sharon). However, despite this, it seemed that the

hope that it could help people to manage their distress was more important to participants.

Discussion

The current analysis of people with HD’s experience and understanding of
psychological difficulties in HD and expectations of psychological therapy revealed three
superordinate themes. Findings suggest that their understandings of the causes of
psychological difficulties are varied with participants describing different potential causes of
their psychological difficulties including both biological and psychological accounts. There
was an acknowledgement that psychological difficulties were sometimes reactive in terms of

being a response to living with HD. However, there was also a more dominant understanding
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that ran alongside a psychological account whereby psychological difficulties were attributed

to the biological process of HD and, subsequently, were inevitable.

Indeed, psychological difficulties in HD are likely due to a combination of
psychological and neurobiological factors (Weintraub & Burn, 2011). However, research has
tended to emphasise neurobiological factors (e.g. Gregory et al., 2015; Van den Stock et al.,
2015) above the more psychological explanations (e.g. Nimmagadda et al., 2011). These
findings indicate that medical models are incorporated far more than psychological models in
HD insofar as accounts to which people are exposed. This is consistent with the research
looking at psychological difficulties in HD which have focussed on the biological causes

(Gregory et al., 2015; Van den Stock et al., 2015).

Interestingly, understandings and experiences of psychological distress seemed to
reflect a dynamic process for many participants as opposed to being static. In their self-
regulation model of chronic illness, Leventhal, Meyer and Nernez (1980) propose that
people, based on their experience of their illness, develop their own illness beliefs to help
them make sense of their illness and subsequently cope with and adapt to their illness.

Indeed it has been suggested that people’s beliefs about their illness are often influenced,
unsurprisingly, by the information they are surrounded by and as such these beliefs are
changing dependent on the information to which a person is exposed (Leventhal, Leventhal &

Cameron, 2001).

Furthermore, prior to the individual themselves finding out they have the gene, for
many there was an awareness that HD was in the family and they were at risk. However,
finding out they themselves had the gene resulted in an increased level of distress and a
different understanding regarding their experience of distress, with most psychological

distress now being attributed to HD. Therefore, the current research demonstrates how
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people’s experience of psychological distress, across the progression of HD is likely to
change and as such may require different approaches dependent on where the individual is in

their HD journey.

In a systematic review examining the psychological impact of predictive testing, an
initial increase in feelings of hopelessness was found (Crozier, Robertson & Dale, 2015).
The current research also identified the hopelessness that some participants felt as a result of
living with HD which further seemed to impact on their mood. Furthermore, how an
individual perceives their chronic illness, including the sense of control, has been shown to
contribute to both their physical and psychological well-being (Arran et al., 2013; Heijmans,
1998; Simpson, Lekwuwa & Crawford, 2013). Indeed, the hopelessness some participants
felt seemed to be associated with participants’ sense of control over their health and life in
general. Certainly, it was apparent in the current research that many participants felt HD had

taken this away.

In addition, the current findings support those of Arran et al. (2013) who found that
people with HD felt they had little control, both personally and with regards to the treatment
of HD. Indeed, in the current research, the option to engage in psychological therapy, in
particular MBCT, appeared to enable participants to feel they were regaining some of the
control they had lost and they hoped would enable them to feel more in control in the future.
Similarly, they felt they were being proactive in improving their well-being as opposed to
waiting for what they felt was inevitable. Thus increasing a person’s perception of control

over their illness may result in improved wellbeing (Hagger & Orbell, 2003).

However, similar to the experience of people with PD (Eccles, Murray & Simpson,
2011), due to the progressive degenerative nature of HD, it is unlikely, and potentially

unrealistic, that people with HD will hold positive control beliefs. Consequently, it may be
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more effective to work with people with HD to accept and learn to live with reduced control
and the ambiguity HD brings. Certainly, living with the unpredictable and uncontrollable
nature of HD, acceptance is of particular importance (Helder et al., 2002). In fact, individuals
undertaking MBCT, the therapy in which the participants were due to engage have

emphasised its value in enabling acceptance (Mason & Hargreaves, 2001).

Further to struggling with the perception of a loss of control, the uncertainty
associated with HD often resulted in feelings of anxiety. Indeed, anxiety has been shown to
be one of the most common psychosocial responses to living with a chronic illness (Livneh &
Antonak, 2005). Novak and Tabrizi (2010) noted that people can often find knowing they
have the HD gene easier than the uncertainty of HD. While this was true for the majority of
participants, this then resulted in a different uncertainty that people had to manage i.e. the
uncertainty regarding when the disease would begin to affect them. The Huntington’s
Disease Society of America note “There’s no typical person with HD. Each individual has
complex unique needs” (1999, p.7). As such the unique and unpredictable nature of HD is
likely to increase a person’s anxiety, leaving them uncertain regarding their future and the

impact the disease may have.

Additionally, due to the mean age of onset of around 40 years of age, gene carriers
may have already passed the gene on to their children (Duistherof, Trijsburg, Niermjer, Roos
& Tibben, 2001). Subsequently, there were wider implications of having the HD gene than
just those of the individual. Indeed for those who talked about having children, anxieties
were discussed as a result of the potential to have passed the gene on. Furthermore, while
each individual’s experience of HD is likely to be different, most people, given its genetic
transmission will have seen a family member, most likely a parent, develop the disease and
will be familiar with the changes this causes (Novak & Tabrizi, 2010). Consequently, having

seen the disease progress in a loved one and anticipating what their own disease progression
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may be, anxiety levels may be expectedly high. These were experiences described by many
participants, by which it was apparent that a psychological understanding of distress was also

accepted.

Furthermore, with regards to people’s expectations of psychological therapy,
participants felt it provided them with an alternative approach to medication, giving them
hope of being able to manage and gain some control over their psychological difficulties
believed to be associated with HD. Indeed, a number of participants currently taking
medication commented on the hope that they may not have to take them in the long term.
However, an important caveat is that all participants had already signed up to engage in a
pilot trial of MBCT and as such may have already been open to psychological approaches
and interventions. Consequently, there is the potential for a bias toward a psychological
approach to have been reported as those who did not opt in to engage in the MBCT

programme were not recruited.

Interestingly, previous studies have shown patient outcome expectations to be
important in engagement and completion of therapy programmes, including CBT and MBCT
(Snippe et al., 2015). “Outcome expectations reflect patients’ prognostic beliefs about the
consequences of engaging in treatment” (Constantino, Arnkoff, Glass, Ametrano & Smith,
2011, p.184). In a sample of people with diabetes, Snippe et al. (2015) found that people
were more likely to complete and benefit from CBT and MBCT if they had high expectations

of the outcomes.

In addition, context has been suggested to be a potential influence on an individual’s
expectations insofar as if a person has prior experience of a psychological therapy then it is
likely that their expectations of future therapy will be influenced by their previous experience

(Constantino et al., 2011). For example, a person who has had a positive experience of
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therapy is more likely to have higher expectations of future therapy than someone who had a
negative experience of therapy. Of the participants in the current study, four had previously
accessed therapy unrelated to HD, some of whom had a positive experience and some who
did not find it helpful. However, this was often accompanied by the understanding that the
timing of the therapy influenced how helpful it was. Indeed, despite some participants having
a negative experience of previous therapy, this did not seem to influence their expectations of

the MBCT course, potentially due to their hope that it would help.

Indeed, while expectations may be important in terms of engagement, the hope that is
created as a result of patients’ positive expectations may also influence outcomes (Frank,
1973). In the current study the concept of hope was discussed, in some cases explicitly and
in others implicitly. While participants did not seem to have many expectations of
psychological therapy it was apparent that, to many, it offered hope of being able to manage

their psychological distress better.

Interestingly, despite a dominant biological understanding of distress, participants
were interested in a psychological approach to its treatment, suggesting a certain level of
dissonance. The theory of cognitive dissonance (Festinger, 1957) suggests that individuals
have a tendency to seek consistency regarding their cognitions (i.e. beliefs). When there is
not consistency, dissonance occurs. Participants were engaging in psychological therapy
despite holding a biological understanding of psychological distress. However, it is
suggested that there are many situations where dissonance is unavoidable (Festinger, 1962).
Considering that there is no cure for HD and the desire of some participants to avoid
medication where possible, this dissonance may have been compensated for with hope.
Consequently, it may be suggested that even though dissonance can occur between a person’s

beliefs and their actions (i.e. holding a biological understanding and accessing psychological
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therapy), this is tolerable when the potential benefit of the dissonant action has the potential

to outweigh this conflict.
Study Limitations

However, this study has a number of limitations. The only individuals invited to be
participants were those who had already consented to take part in an MBCT trial. People
who had not signed up to the MBCT trial were therefore excluded. Subsequently, it may be
suggested that these individuals may be more psychologically minded and more open to
psychological approaches than those who declined to take part in the trial. Furthermore, the
consideration of a psychological understanding of distress, on some occasions, seemed to be
a result of taking part in the current research . It seemed that having time to think about an
alternative perspective enabled people to reflect on their experience and understanding,
something which may not have been the case otherwise. Therefore, it cannot be concluded
that the understandings and experiences of psychological difficulties and expectations of
psychological therapy, as described by participants, would reflect those of people who were
not signed up to engage in MBCT. Consequently, it may be of interest to investigate the
understanding and experience of psychological distress in people who were not open to the

idea of engaging in psychological therapy.

Additionally, the lead researcher took part in the MBCT trial alongside participants in
the current study (after having interviewed them). This took place prior to the completion of
the data analysis. It is therefore possible that the lead researcher developed a greater insight
into the lives and experience of participants than would have been possible during a 60-
minute interview. However, in order to manage this, a reflective diary was kept to maintain
an awareness of understanding that was obtained during the MBCT course compared with

that obtained from the interviews.
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Clinical implications and future research

The current research highlights a number of clinical implications. Firstly, it has been
demonstated that people with HD may be open to a psychological understanding of distress in
HD and subsequently psychological approaches. Indeed, the openness to considering
psychological factors as influential in the experience of distress and acceptance of a
psychological approach has already been demonstrated in people with another
neurodegenerative condition, PD (Oehlberg et al., 2008). Consequently, the provision of, and
access to, psychological therapy services for people with HD should be considered. Indeed,
findings (Tabrizi et al., 2012; Eidelberg & Surmeier, 2011) support the argument for non-
pharmacologic approaches such as CBT for the management of behavioural difficulties such
as irritability, either alongside or as an alternative to medication. Currently, psychological
support is not prioritised in HD, potentially due to the understanding that psychological
distress occurs as part of the HD process. However, here there is indication that
psychological approaches may be acceptable to people with HD with the potential to improve

well-being.

As the current research only examined the perspectives of people with pre-
symptomatic HD it would be valuable, where possible, to obtain the perspectives of people at
different stages of the HD process. It is possible that people with more advanced HD may
struggle to engage with psychological therapy, particularly if there has been a significant

impact on a person’s cognition.

Conclusions

Overall, the current research has demonstrated that participants accepted both a
biological and psychological understanding of psychological distress, however with a

biological view seeming to dominate. Furthermore, participants’ experiences were
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changeable over time, dependent on the context in which the individual was experiencing
distress. Finally, psychological therapy was accepted as an approach to support people to
manage their distress. This was often accompanied with the hope this could provide an

alternative or additional approach to medication that could support people with HD to feel

more in control over their experience.
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Appendix 2-A: Background and methods of the Mindfulness-based cognitive therapy

trial

There has been little development regarding psychological interventions for people
with Huntington’s disease (HD). However, they are being developed for people with
different neurological conditions such as Parkinson’s disease (PD; Dobkin et al., 2011).
Mindfulness-based cognitive therapy (MBCT) has previously been piloted for people with
PD who reported an improvement in psychological wellbeing (Fitzpatrick et al., 2010).
Consequently, a pilot trial of MBCT is being run for people with HD to see whether it would

be an acceptable and useful approach for people with HD.

Additionally, due to the psychological and emotional consequences of HD, it also
affects the people with whom they live (Aubeeluck et al., 2012). For example, caregiver
depression has been shown to be associated with depression in the person with HD
(Banaszkiewicz et al., 2012). Therefore the study will also obtain the views of a family

member of the person with HD.

Both qualitative (semi-structured interviews) and quantitative (e.g. Hospital Anxiety
and Depression Scale and the Five Facet Mindfulness Questionnaire) data were collected
from both the person with HD and their family member. Data were collected both pre and

post intervention.

To be included in the study participants had had the genetic test confirming the CAG
expansion on the huntingtin gene and were all pre-symptomatic. All participants had clinical
signs of low mood or depression identified in their notes or information recorded at their last
clinic visit. Participants were aged 18 years or over and had not had changes in their

medication six weeks prior to the start of the MBCT intervention. Participants were excluded
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if they currently had suicidal intent. Once the person with HD had been recruited they were

asked if they have a family member or close friend who wished to participate.
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Appendix 2-B

Table 1: Extract from Sharon’s transcript with initial summary notes and emerging themes

2-38

Initial Notations

Extract

Emerging Themes

Don’t know how therapy can
help

Need to be open minded
Hopeful that therapy can help

Confusion about how therapy
can help

Trying to be open-minded

A bit of help is better than
nothing - hope

Not going to pressure self but
will need to try — effort

Previous experience of research

has had positive results

P: Well since erm, well obviously, well (nurse) was saying about this course, |
mean | didn’t realise completely what it was you know, and then the little bit of
reading I’ve done since and everything and I’m thinking okay, but | honestly
don’t know I’m just going to keep an open mind about it but im hopeful that
just, you know, that I’ll be feeling a little bit better, will make me you know
more confident to go out and do things then that’s good.

I: So given that erm, kind of your main understanding of its psychological
aspects such as mood and anxiety are cause by the Huntington’s how do you
think, so for example say it’s got a biological cause, how do you think a
psychological therapy can...

P: I haven’t a clue, that’s what I’m a little bit confused about, a lot confused
about, but that why I’m trying to keep an open mind about the course and you
know, and it might help research in the future so I don’t know if it will but if it
clears my mind then it will never work but it might just a bit and that’s better
than nothing when you don’t have a lot of hope or anything when it gets to this
point, so | don’t know. Those are the questions I’ve been asking myself, they
really are so that’s why I’'m quite looking forward to when it starts. I’m not
going to put like, huge you know, pressure on it, on myself as well but I’'m
going to do my best. You know, and | think as well because 1’ve been taking
part in some research and there have been some results form that as well now
and I’m thinking right okay maybe, there may be with this as well, this research
so I’m hoping. We don’t know until we do it.

Open-minded
Hope

Confusion/uncertainty
Open-minded

Hope

Active role in therapy

Hope
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Critical Appraisal

Reflections on: Understandings of psychological difficulties in people with Huntington’s

disease and their expectations of psychological therapy’

This paper will provide a summary of the research findings and the study’s strengths
and limitations. It will also provide a reflective account of some of the process issues
encountered throughout the research process, including the lead researcher attending the
mindfulness-based cognitive therapy (MBCT) group and the impact of this on data analysis.
It will also explore the current lack of psychological services for people with HD, reflecting

on potential reasons for this and how it may be overcome in future.

Research overview

The empirical paper was a qualitative exploration of people with HD’s understanding
of psychological distress and expectations of psychological therapy. Participants were all
people with HD and were recruited from an existing therapy trial. Semi-structured interviews
were used to understand participants’ experiences and analysed using interpretative

phenomenological analysis (IPA) following the steps described by Smith and Osborn (2003).

Summary of research findings

The investigation of people with HD’s understanding of psychological distress and
expectations of psychological therapy resulted in the development of three superordinate
themes: (1) Attributing psychological distress to HD: ““you’re blaming everything on that
now”’; (2) Changes across time: “in the past you’d just get on with it”’; (3) Therapy instils

hope and fight: ““a light at the end of the tunnel”.

The first theme reflected the understanding that HD was the cause of psychological

distress, from both and biological and psychological perspective. Indeed, a biological



CRITICAL APPRAISAL 3-3

understanding appeared to be the dominant understanding people held. This seemed to come
from information they were given by healthcare professionals that psychological difficulties
are part of the progression of the disease. Additionally, there seemed to be some
ambivalence as to the cause which appeared to result in a more implicit psychological
understanding of distress. Similarly, the ambiguity and uncertainty associated with HD also
seemed to be a contributing factor to participants’ psychological distress. Consequently,
whichever perspective participants held, and in some cases both perspectives were held

simultaneously, the underlying cause was HD.

In addition to how participants attributed their psychological distress, the second
theme reflected how this attribution appeared to reflect a dynamic process. This varied at
different time points for example, prior to finding out about the HD gene, following receiving
confirmation of the HD gene, and living with the anticipation of disease onset. Furthermore,
not only did it change over time but the knowledge of having the HD gene influenced how
participants perceived their previous experience. As such, participants’ beliefs about their
psychological distress altered from how they had previously viewed it, thus influencing

perception from the past, present and future.

Finally, the third theme reflected the understanding that psychological therapy had the
potential to give people with HD some control over their psychological experience. Indeed, it
seemed to instil hope into participants and provide a sense that, while they could not control
the motor aspects of the disease, they could fight against the psychological difficulties they
experienced. Therefore, it enabled them to take an active role rather than remain passive,
waiting for difficulties to occur. A number of participants described currently taking
medication to manage the difficulties they experienced, however the option of a more natural

approach appealed to many. However, alongside this hope was the understanding that
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psychological therapy would require a certain mind-set and conscious effort on the part of the

participant.

Strengths and Limitations

A strength of the current research is that this is the first study, to my knowledge, to
interview people with HD about their understanding of psychological distress and
expectations of psychological therapy. It has therefore provided insight into the lived

experience of people with HD, not previously sought.

There are, however, a number of limitations to the current study. The participants
who took part had agreed to take part in an MBCT programme and were therefore potentially
more open-minded to psychological approaches. This may not have had an impact on their
understanding of psychological distress, but it may be that their willingness to engage in
MBCT is reflective of their perspective of psychological approaches. Indeed, despite most
participants having limited expectations of the course, no one commented that they thought it
would be a waste of time. Furthermore, after | had collected the data, | took part in the
MBCT group and therefore had more contact with participants than would have occurred
otherwise and as such gained more insight into participants’ experiences of psychological

distress. Therefore, there was a potential for this to have influenced the data analysis process.

Reflections on the interview process

Considering the research topic, investigating psychological distress and psychological
therapy, it seems important to consider my potential influence on the interviews from the
perspective of a trainee clinical psychologist. When conducting research interviews there is
the potential for the researcher to influence participants’ responses as a result of the
interaction process and potential factors such as social desirability (Hewitt, 2007).

Consequently, coming from the position of a trainee clinical psychologist, and participants’
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awareness of this, | felt it was important to remain aware of my understanding of
psychological distress and the beliefs I hold about the benefits of psychological therapy in
order to ensure these were not explicitly revealed during the interviews. 1 felt there could be
a risk that coming from a psychological perspective would influence participants to want to
talk about psychological distress and therapy from both a psychological and positive
perspective. Consequently, I tried to ensure my follow-up questions and responses remained
neutral and did not lead participants’ responses. On reflection, | feel that participants
described their experience that was true to them, particularly considering people described a

biological understanding.

Furthermore, | found it difficult listening to participants’ experiences of psychological
distress, particularly hearing them describe the limited psychological support they had.
Furthermore, 1 think this experience was made more difficult as a result of my attendance at
the MBCT group. By having more contact with participants and getting to know more about
them and their families, | felt a great sense of empathy for the situation they were in. 1 also
felt inspired by the strength and resilience everyone showed in the face of HD and what this
meant for their future. Additionally, this felt particularly difficult considering | was in the
role of researcher, rather than a trainee clinical psychologist, which requires a different
approach and the use of different skills. In my role as a trainee clinical psychologist | aim to
understand a person’s experience and work collaboratively to effect change. However, in the
role as a researcher the aim is to obtain and understand a person’s experience (Drury, Francis

& Chapman, 2007) without working towards changing their experience.

Conversely, Wilde (1992) suggests that therapeutic skills can enhance the research
process and in fact these skills cannot be completely put aside. Therefore, | felt able to use

my clinical skills, such as active listening and empathy, to ensure participants felt heard and
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understood while ensuring my own beliefs were not expressed. | feel this enabled

participants to feel comfortable talking about their experience.

Considering the researcher’s influence on data analysis

Prior to conducting the research I did not have any prior experience of HD from either
a research or clinical perspective. | had some previous research and clinical experience of
working with another neurodegenerative disease, Parkinson’s disease (PD). However due to

the life-limiting nature of HD this seemed very different.

After interviewing participants for the current research, as briefly discussed in the
research paper, | attended the eight-week MBCT course in which participants had agreed to
take part. Eight out of the nine participants completed the course, which meant I had contact
with most participants following the research interviews prior to completing the data analysis.
As a result of attending the MBCT group, | felt | gained further insight into participants’
experience of psychological distress due to the discussions within the group. Indeed, this was
more than would have been gained had | only interviewed the participants and not had any
further contact. As such | was able to understand people’s experience of psychological
distress within the wider context of their life experience, which felt like quite a privileged
position to be in. In addition, | also felt like this contributed to ensuring the quality of the
research (Yardley, 2000) insofar as | felt | had an increased awareness of the context in which

the clients experienced psychological distress.

Furthermore, when | was analysing the data | was aware of my knowledge of
psychological distress and therapy from a more general perspective as a trainee clinical
psychologist. As such, | was interpreting the data within both the clients’ context and my
own professional context. Indeed what | did notice was that my knowledge, from a

professional perspective, was notably different from that gathered from participants. While |
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believe psychological therapy has the potential to improve people’s well-being | am aware
that this comes from experience of working psychologically and a knowledge of the evidence
base in other neurodegenerative diseases. For example, MBCT has previously been piloted
with people with Parkinson’s disease who found it improved their psychological well-being
(Fitzpatrick, Simpson & Smith, 2010). However, it felt important to continually reflect on
how my understanding and knowledge was coming from a different place to that of the
participants. Indeed, they were coming from a position of lived experience which was the

focus of the research.

Consequently, in order to ensure my interpretations were reflective of the data, and
not these wider understandings, | aimed as much as possible to bracket off this extra
information. Bracketing is a methodological device used in phenomenological inquiry which
requires the researcher to deliberately put aside their beliefs and knowledge about the
phenomenon under investigation (Carpenter, 2007). This is also to continue throughout the
research process. In order to achieve this process | kept a reflective diary whereby I could
record and make reflections on the insight | gained from the group that could potentially
influence my interpretation of the data. This reflexivity helped to identify potential
influences that may have later affected the data analysis and subsequently enabled me to

reduce them (Ahern, 1999).

Certainly, during the process of data analysis, | continued to reflect on the
interpretations | was making, questioning whether the interpretations being made were based
on the data collected or whether the wider knowledge | had gained during the MBCT course
was influencing this. 1 was aware that the additional contact | had with participants could
have altered the perspective taken during the data analysis period. For example, as the
MBCT course progressed participants talked about finding the course helpful, describing how

the how the mindfulness home practice was helping them. As such it felt important to record
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these comments and what | had taken from them as the data gathered during my interviews
regarding participants’ expectations of psychological therapy did not reflect this. Below is an

extract from my reflective diary demonstrating this:

During today’s session, Lyndsey (pseudonym) talked about how she felt better
than she had in a long time. She talked about how she was finding the
mindfulness exercises particularly helpful when she is really struggling with her
mood. She was really positive about the MBCT course and commented on how
she found being in a therapy group with others with HD was comforting. She had
been to group therapy before but due to the wide range of reasons for people’s
attendance did not find the group helpful. This suggests to me that therapy
groups, specifically for people with HD, would be of benefit to people.

(Reflective Diary)

Therefore, 1 did not want to interpret participants’ expectations of psychological
therapy in a positive light that did not exist. While people were starting to describe the
positive impact they felt it was having, during the interviews participants’ understandings of
psychological therapy were that it provided them with hope but that there were no
expectations of whether it would be helpful or not. Consequently, to ensure transparency, a
principle in ensuring quality in qualitative research (Yardley, 2000), when writing up the
results | presented original quotes from participants transcripts in order to make sure my

interpretations were indeed representative of the participants’ experiences.

In addition, I used supervision to ensure that the interpretations | had made from the
data reflected the participants’ direct quotes. One of my supervisors also took part in the
MBCT course, therefore it was of particular importance to gain supervision from my second

supervisor who did not know the participants and had not had any contact with them
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throughout the research process. This ensured that there was a perspective that could not

have been influenced by anything other than the data from the research interviews.

Impact of time on recruitment

Indeed, the potential influence attending the group had could have been avoided if |
had analysed the data prior to the MBCT course commencing. However, with the current
research, timing was problematic. The time between obtaining ethical approval and the
commencement of the MBCT course was approximately four weeks. During this time | had
to recruit participants and complete all nine interviews. Consequently, | did not have time to

transcribe and analyse the data prior to the MBCT course commencing.

Furthermore, there was a wider impact of this time limit in that it also restricted the
sample of participants | was able to include in the research. | had initially hoped that partners
of those engaging in the MBCT course could be interviewed as well to gain insight into their
understanding of their partners’ psychological distress and expectations of psychological
therapy. It has been demonstrated that people engaged in MBCT have reported an increase in
perspective taking and empathy which has subsequently allowed them to interact more
mindfully in relationships (Bihari & Mullan, 2014). As such, partners of those with HD may
be indirectly affected by their partner taking part in MBCT. | was therefore interested in their
perception of their partner engaging in psychological therapy and whether they expected any
change as a result of this. It would also have been interesting to be able to see whether

people with HD and their partners had similar understandings or whether these diverged.

However, due to the time limit | was unable to recruit enough partners to interview
them in time. Indeed, only one partner consented to take part in the research within the time
frame | had to complete data collection. | had planned to use IPA (Smith & Osborn, 2003)

whereby | would analyse the data of people with HD and their partners separately as two
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distinct groups. As such, it did not seem ethical to interview one participant with the
potential for their data to be excluded from the research. Therefore, | explained to the partner
who had consented to take part my reasons for not interviewing them and including them in
the research. Consequently, the priority of the research became to interview people with HD

to obtain insight into their experience.

In addition, with regards to future research, it may be important to interview partners
to obtain their perspective on psychological distress in HD given the impact it has been
shown to have on both the physical and psychological well-being of those around the person

with HD (e.g., Aubeeluck, Buchanan & Stupple, 2012; Williams et al., 2009).

Absence of psychological services for people with HD

Interestingly, what became apparent during the interviews, although was not specific
to the focus of the present research, was the lack of psychological support available to people
with HD. Indeed, if any support were available, this was unknown to the participants. |
found it frustrating to learn of the lack of specialist psychological input for people with HD,
particularly as the importance of a multi-disciplinary approach in the management of HD and
its associated difficulties has been argued (Veenhuizen & Tibben, 2009). Furthermore, it
seemed that people were experiencing levels of distress that could be supported by a
therapeutic approach. Indeed, many participants talked about not having anyone to share
their worries with as they did not want to burden their partners and families. As such they
were attempting to cope on their own, with their main contact with health care professionals

being at the HD clinic when they attended for review.

I wondered whether the absence of psychological input for people with HD may be, in
part, reflective of the dominant biological understanding of psychological distress in HD.

Indeed, if people’s beliefs regarding their illness are influenced by the information they have
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around them (Leventhal, Leventhal & Cameron, 2001) then it seems understandable that
people would hold a biological understanding of psychological distress. Consequently, the
dominant biological perspective taken would also suggest medication would be the assumed
treatment option for people with HD. Indeed, participants spoke about assuming medication
was the only option given the biological nature of their distress. As such, if psychological
distress is to be understood from an alternative perspective, then the way in which it is talked

about should be addressed.

On discussing a psychological approach during the research, participants spoke of
their hope that it could improve their psychological well-being. Indeed, this seemed to be in
relation to regaining some control over their psychological experience related to HD.
However, on reflection, while participants may be able to develop a sense of control,
considering the uncontrollable nature of HD, acceptance may also be important for people
with HD. Consequently, approaches such as acceptance and commitment therapy (ACT)
may support people to manage their psychological distress. Indeed ACT aims to increase a
person’s psychological flexibility focusing on mindfulness, acceptance and behaviour change
in line with a person’s values (Hayes, Luoma, Bond, Masuda, & Lillis, 2006). Considering
the unchangeable and degenerative nature of HD being able to embrace one’s experience

without trying to change it, instead accept it, seems important.

Impact on self of attending the MBCT course

Additionally, I felt very grateful to have been able to take part in the MBCT course. This
was an experience that is not afforded to many trainee clinical psychologists and | feel this
benefitted me from a personal, professional and research perspective. Indeed, | felt I was
able to engage with this from both the perspective of a participant and an observer. On the

one hand I took part in each session, contributed to group discussion and engaged with the
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home practice exercises. From another perspective, being able to observe a qualified clinical
psychologist with a wealth of experience in MBCT felt invaluable. | feel | have learned a lot
about how MBCT is delivered and what it entails, how to manage group dynamics and the
benefits of your own investment in a model. Additionally, since completing the group | have
continued with the mindfulness practice at home and maintained the ethos of the model. 1
believe this has enabled me to manage the demands and stress occurring throughout my thesis
journey and training more generally. | have used some of the exercises at times of high stress
and others as a means of personal care. | believe this is something I will continue to benefit

from throughout my qualified career.

Conclusions

This critical appraisal has been used to reflect on some of the important issues that
arose during the research. 1 have reflected on the interview process and how my role as a
trainee clinical psychologist may have influenced this as well as the impact hearing people’s
stories had on me. | further explored some of the issues that arose around the data analysis
process, discussing the potential impact of myself attending the group. Furthermore |
explored how time acted as a barrier to my original research proposal resulting in only being
able to interview people with HD. However, although having to interview participants within
a short space of time resulted in partners being unable to participate | believe this enabled a
thorough and detailed understanding of the experiences of people with HD. Finally, |
reflected on the lack of psychological services for people with HD, concluding with some
reflections around the impact attending the group had on me both personally and

professionally.
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Ethics Application Form

MHS REC Form Rafaren ca: IRAS Warsion50.0
15 HAGTT

The integrated dataset required for wour project will be created fom the answers wu give to the following questions. The
system will generate onlytho sa question s and sactions which (3) applyto woour sudy tvpe and (biare required by the bodies
renie wing wour study. Please enzura you answer all the questions befre procze ding with your app lications .

Please complete the questions in order. If you changethe nesponse 0 3 question, please select "Sawe’ and reven all the
question = 35 wour change mayhave affected subsequent questions.

Plazaze enter 3 short title for this project (masimom 70 characters)
Espectations of psychological therapyin Hurntington's diseass

1.k your project research?

) Yez Mo

2. Sedect ore category from the li st below:

{7 Clinical trial of an inwvestigational medicinal praduct

{3 Clinical inwestigation or other study of 3 medical devics

7 Combined trial of an investigational medidnal product and an investigational medical dewice

1 Other dinical tial to studya nowel intervention or randomized dinical tial to compare inters rions inclinical pradice
7 Basic science studyinwling procedures with human participants

{4 Btudy administering question nairesdnterview s forquanttative analysis, orusing mixed quantitative /qualitat w
methodalo gy

@ Studyinwoling qualitative metho ds anly

7 Study limitad ta warking with human 1 ssue @ mples (or other human bicle gical mmples) and data (spadic project
only’)

3 Study limite d to working with data (specific project anly)
'-" Reszearch tizsue bank

{7 Rezearch databasze
F your work does not fit any of these categores, select the option below:

b Other shudy

23, Please arswer the following question]= ):

) Do = the study inwolwve the use of anyionizing radiation’? dYez @ HNo
b7 Wil wou be taking new human tissue samples (or other human biological samples)T ' Yes @ Mo
7 Wl you be using existing human tisaue samples (or ather human biological samplesT? () Yes & Mo

A nowhich coontries of the UK will the research sites be located? Tk al that apply)

4 England

[] Scotiand
[[Jwvales

[ Hertham Ireland

L ate: 2707 2015 1 240 QYEEn 5 o0

A Research Ethics Committee established by the Health Research Authority



ETHICS 4-3

MHS REC Form R eference: IRAS Wersion 50.0
15 THAOETT
@ England
1 Seotland
3iales

22 Marthem eland
3 Thiz study doe s not inuo e the NHS

4. Wyhichreview bodes are you appl yingto?

[] HRAAppronal

P HHS/HEC Resaarch and Dewelopment offices

[] Sorial Care Research Ethics Committee

B Research Bthics Comimittes

[] Contfidentiality Adwsory Group (CAG)

| |Mational Ofiende r Management Service (MOMS) (Prisons & Probation’)

For M5S0 RAD ofifoes, the OF must craate Sibe-Soecific fmformakio Sorms for sach sibe, ir addibiom bo Ehe
Fudy -wide formz, amd bramsfer them o dre AIF or docal colaboratars.

AWl ary reseanch sites inthis study be MHS or gani sations?

TiYes @ Mo

st

E. Do o plan to include any parti d pants who are children?

(i Yes @ Mo

T. Doy planat any stage of the project to undertzke intrusive research ired ving aduts lacking capacityto consert
for themselves?

sYez @ Mo

s

Arswer Yes 7o plan o eowd vy particip ands aged 16 orover who lack capacity, or o redaiy Heen in dve siudy follo wing
losF ofcapacty. ks v e aml & eans any eseamh with the ing equidng cornse atin law This imoledes wse off
identifable fsswe M6 pkes or personal infomed o, except where application i5 being & aok o Hhe Conrfdemiality Adwisone
Gmep fo =i asoe e comm on B duty of conddentialily iv England amd Makes Pk ams consul e guidamie mobes for
e informadion o the legal face Morks forremamb involdng o'z lacling capaciy iv the UK

2. Doy plan to include amy pari cipants who are prisoners or woungoffendears inthe costody of HM Prizon Senvice or
whio are dfferders supervised by the probation senvice in England or Wales?

"t ¥es @ Mo

3. kthe stody or any part of it Being undertaken as an edacational propct?

@ Yes 1Mo

Plaa sz descrbe brieflythe inwlvement ofthe studenti=):
The student will bethe principal inwestigator.

9a.lsthe project being undertaken in part fufilment of 3 PhOor other doctorate?

@ Yes 1Mo
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10.Will this research be finarcidly suppotedbyrthe United States Department of Health and Homan Senvices or any of
its divizions, agencies or programs?

Ti¥es @ Ma

1. Wl idertifiable patiert data be accessed oatside the care tearm without prior consert at ary stage of the project
[irl udireg i dertification of potertial participants T2

Tifes @ HNo
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Integra ed Research Applicaion System
Application Form for Research inwolving quditative mathods only

WGE

Health Research Authority

Applicgtion to NHS/HSC Ressarch Ethics Committes

The Chief Inwestigator should complete this fmm. Guidance on the question = is awvailable wherever wu see this

symbol displawed. Wk recommend reading the guidance drat. The complete guidance and a glossary are available by
selecting Help.

Pleaze dedne anyterms or acronymis that might not be milar to 3y reviewers ofthe application.

Shiort title and version number: {masimum 70 characters - this will be inserted as header on all forms?)
Espectations o f paychological thermpyin Huntington's diseass

Fleam® complel thems detads ater wou fave booked e BEC ap plicafor forre vew.

REC Marie:

Murnber: Submission date:
FROTIZ0S

B4, Fditle of the reseanch:

Understandings o f psyw:hological dificulties in Huntington' = disease and expectatio ns of psychol ogical therapy

B2-1. Educationd projpcts

Mame and contact details of student(=:

Stodent 4
Tile Forenamednitials Sumame
hisz Fachael Theed
Pddrass Fumess College
Lancaster Uniwersity
Lancaster
Paost Code Lad T
E-mail ritheedi@lancaster.ac uk
Telep hone 07952904313
Fax
Give detgils ofthe educational course or degree for which this res=arch is being undertaken:

[Date: 27072015 4 1240 WeaEa5a M 52

A Research Ethics Committee established by the Health Research Authority



ETHICS

MHS REC Form R efarence: IRAS Wersion 50.0
ASMTHIOESTT

Mame and level of course/ degrae :
Doctorate in Clinical P sychol agy

Mame o fedu cational esablishment :
Lancastar University

Mame and contact details of academic supervsons):

Acadermnic supensisor |

Title Forenamedhitials Sumame

Or JBane Simpson
Address Doctorate in Clinical Psywehaology
Fumess College, Lancaster Uniwer sty
Lancaster
Post Code Lag 4nT
E-mail jAmpson2i@ancaster.ac.uk
Telephone 0152450 2852

Fax

feademic supenisor 2

Title Forenamefhitals Sumame

Or Fona Eccles

Address Doctarate in Clinical Peywchalogy
Fumess College, Lancaster Uniwersity
Lancaster

Post Code Lad 4nT

E-mail facde i@ ancaster.ac.uk

Telephone 0152459 2807

Fax

Flaas= state which acad emic supervizons) has re spondbility for which st dent(=);
Please olich “5fawe moow bede compleling this bk, This will ensue fatall of the shale nf and' acade fiie supendsor
dedails are showr comecily.

Student(s) Beademic supendizor(s)
Hudert 1 Misz Rachael Theed

[+ Or Jane Simpson
[ Or Fiona BExcles

Acopyofa oure nt CF debhe Sudest and tee acadesic fperdsor i asin o 2 pages of Ad]e st be sl st o wilh He
appdication.

A2-2 boowill 2ot az Chief Irwestigabor for this study?

) Shudent
7 Aeademic supervisor
1 Other

03-1. Chief vestigator:
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Tile Forenamednitials Surname

hlizs Rachael Theed

Post Trainee Clinical Psych ologist

Qualifications BScrHons) hifc

Emplayer Lancashire Care Foundation Trust

Wiark Address Doctorate in Clinical Psychalagy
Fumess College, Lancaster University
Lancaster

Post Code LAt anT

Miark E-mail riheedifiancaster ac ok

® Personal E-mail

Wiork Telephone 07505406193

® Personal Telephonetdobile

Fax

* This irebme ation i optional. # will mod be placed i the pedlic dosiain o disclo =d' o any odver Hhird pary withowt prior
corse .
Avcopyofa coreat G fw asin en 2 page s of Ad) frde Chied® hvesly alor s w® be subn itled with the ap plicadion .

whioisthe contact on belalf of the sponsor for all comespondence rd ating to applications for this project?
Thiz cordact will eoeive coples offall comespondence fms FEC and HRARRD e e wers that is sent fo dhe G

Title Farenamedinitials Sumame
Wtz Debbia Enight

Address Re=zaarch Support Officar
B&E Bowland higin
Lancaster University

Post Code LAt 4T

Email ethicsi@lancaster.acuk
Telephone 01 5244 92605

Fax

A5-1. Research reference rumbers . Please give any ek vant eiferemes e yoour shedy:

Fpplicant'sforganisation’s own reference number, eg. B & O0f

available]:

Sponsar sfprotocel number

Protoca | \arsion: ‘wizrsion 1
Protocol Date: 22062015

Funder's reference number :
Project website:

Addtional reference number[=]:

Ref.Mumber Description Reference MNurmber

Regizabion of ereamh studie s i e mowraged where wr possile. You may be ablke to regéser your Rudy ool
your iH S organisalion or @ egiser ey by a aeaica e seamh chandy, o publish oo protocol diowg b ar open
goce s publisgher, ¥ o fave e gisered yourshedy please give dedails in e Hdddional eiemnce suaben 57 seckion.
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B3-2. Ethis spplicationlinkedto a previous shudy or another curert application?

e Mo

Please give b ded delails amd mifemnne mur Ders.
Thi= researchis linked to "~ pilat evalugtion of mindfulness-based cognitive therapy ©or people with Huntingto n's
dizeaze".

RELC reference:
IRAS 10

Clinical Trialz.gow ID:F
Chief Imestigator: DrJane Simpson

BE-1. Surnmany of the stoudy. Please provide a bred suw fiary of the meseamh (& axsinr wr 300 wom's) w5y arguage
edsly wrdersiood Oy lay e wie wers and miea Ders of dve poeblc. Where the mereameh iseviewed by a FEC within He UK
Heallh Depariients Remarch Bhics Sendce, this suwsrary vl be peblished on the Health Reseamh Awthorty (HR4)
website foll wing He ethical mowew. Pleare mbein fhe question specife guidams forihis e siion .

Apilat trial of mindfulnes=-bazed cognitive thera BCT ) with people with Huntington's dizease (HOis dueto ke
place later this wear (clinicalrialz.gow Iﬂ. The curment study aims to explone the hopes and
expectations of some ofthoze who are dueto Bke part in this inte nention and their partners. A small group of people
with HO and their partners will be inte re wed about theirundersanding of psyeholo gical distress and their beliefs and
expe ctation 5 of psychological therapy and MBCT speciically. The data will be analysed using interpretative

phenomenalagical analysis.

BE-2. Surnmary of main issues. Pease s ariise the o ain elfvical, legal, orararag esent iFses anising moar o or sty
amd =y fow wou have addersd tesr.

bt al stdlies mire sigritoa nf isswes. Som e stvdies may hawe staiphtfone m ethical o obfer imsee s that can be ioentifed
Cvers mdy premnt Sgniicant isme s e goiing frtiver considembion 0y a FEG, FROofee orolher

e wbody (35 appmpnate to the isswe ). Stedies dhat present a miniwal il to pa iicipants & ay @ire com plex

organizafonal orfegal isswe s, Yoo shookd iy o consider al e ypes off izmre 7 tal the diferent rewle wers may meed o

o0 R

Bthical lsaues

1. Conidentiality: Al participa nt information will remain conddential.  The researcher will not hawve aczess to potent al
participants’ pe rsonal information until the participants themsslwes express anintere st in paricipating in the study and
provide their own contact details. The res=archerand her superisors will be the anly people to hawe access to the
audio recordings and transon pts. This will be outlined on the particdpant information she et and consent form.

2. Rizh of harm to p articipants: While it is not expected that the reszanch will cause participants any distress, ifthis
ocurs during interviews the participant will be given a break and asked ifthey would like to coninue. Should any ofthe
participants dizdoza anyrisk of ham to themeeles or others then this will be disdosed to their treating dinician or
other approprigte person or authoritie 5. Where possible participant= will be informed ifthis is necessany.

3. Risk ofhamto the researcher: S the interiews will be conducted on a one to one basis, when lone working the
researcher will follow the Lancashire Care Foundation Trust lone warking poli oy, A designated person (3 fellow
trainee] will e provided with the re searcher' s cont@aet details and information aboout the appointmernt time and
duration. Theyw will further be prowded with cortact details ofthe interview location and inte ndewee jna s=aled
enmelope, onlyto be openedin an emengency).  When the interiew is dnished the researcher will contact the
designated person to informthem that the inte riew iz complete,  fthey do not receive this contact then attempts will
be made to contact the researcher. Ktheyare unable to make contact then th ey can open the sealed enwvelope and the
approprigte 3uth onties will be informed.

4. Oata Storage: All electronic dat@ will be stored onthe Unive rsty server wa the WPH and password protected. Al
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paper data will be stored in alocked draw at the home ofthe researcher during the course of the research.

AE-3. Proporti onate review of REC application The iwlia ! pogect iler kas iesdifed that wour by 5oa v be seiable &
pmpoiionade eview Oy a REC subl-co &iittee . Pleas comslt e e it geidance foles fos (RES amd imdicale wiether
oo wish o apply thougk e popodionale eoview sendce or, Bhing ino accoont youransaerto A6-2, wo oo esder Here
are efvical issuwes that req wie considembion ata & FEC me eling .

1 Yes - proportionate review @) Mo - review by full REC mesting

Further co & emds [ophiomal);

Nisde : This guestior oy applies to e AEC application .

A7, Select the appropriste methodo ogy descriptionfor this research. Pea= tioall that apply:

[] Case seriesd casze note review

[[] Case control

[[] Cohort obseration

| | Contralled frial without rAndomisation
[[] Cross-se dtional study

[[] Cetabase analysiz

[] Epidemialogy

| | Feasibility pilot study

[] Laboratory study

[] Metanalysis

[w Qualitative research

| | Questionnaire, inte riew or obsereation sudy
[] Fandomized contralled trial

[] ther (pleaze specify)

840 what is the principal research question'ob jective? Plea s pot this inla mgeage cosp elensidle toa lay person.

The main abjective i= to gain insight into both people with Hurtington's disease and their p arners’ understanding of
psywchological distress and their view sgxpectation s of psychao logical therapy, in particular mindfulne s5-bazed cognitive
therapy.

841 what arethe secondary research questionsiobjectives if applicable? Pease pot this in language com prehensile o
d i3 y person.

What impact ha s psychological therapy had/do people exped it to hawe on both the person with Huntington's disease
and their partners emotional and psychological wellbeing™

A2 et s the seiertific justification for the research? Pease pot this iv lamgea ge cos prede nsh e do 3 lay person.

Hurtington's diszase (HOMis a neurodege nerative condition causing prob lemes with cognitive functioning,

co rdingtion, moverment and some emotional dificulies.  kis suggested that around five toten per 100,000 people
are affected (Kay, Fisher & Hayden, 20140, People are generally diagnosed batween the ages o f35-55 with a lik
expectancy of around 15-20 years (Keenan, Simpson, Miedzybrodz ba, Mexander & Semper, 201370 and hawe often s2en
their parents afiected bythe dizease (kKremer, 20027,

People with HO oten espen enc: emotio nal di ficulties induding dep ression, an sdety, apathy and imi@bility (Kidowood,
Su, Conneally & Foroud, 20017 which hawe the potential to impact on an individual’s quality oflife.  For esample, @Etes
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A Research Ethics Committee established by the Health Research Authority



ETHICS 4-10

MHS REC Form R efarence: IRAS Wersion 50.0
ASMTHIOESTT

of depression have been shown to be high in individuals with HO with the causes forthis being pote rtally twofald
(Paulsen et al., 2005). Cerinlyone potental cause is hawngto adjust to living with the illness as well as coping with
the subsequent difficulties that arise as a result of HO. Additienally, there is 3 potential bielogical compoenent whe reboy
neural mechanisms inthe brain ane a fiected by HO subsequently afiecting mood (Paulsen et al., 20057,

Importantly, there are signifcant physical and emotio nal consequences of HO not only ©orthe individual with the
dizease but also for the people with whomthey live fe.g., Aubeeluck, Buchanan & Stupple, 201 2; Wdlliams et al.,
20090 Family members oten ke on caregiving for the indivd ual with HO and subsequenty may experience a
reduced quality oflit, including lowered mood (Aubeeluchk & Buchanan, 2007 ; MeCabe, Fith & 0 Connor, 2009 ; Read
et al., 201070, potentially as a result of witnessing a lowed one become increasin gly unwell ower time and grieving or a
lost relationship (Fickett, Atmaier & Paulzzn, 20070, Indead, deprassonin people with HO ha s been identified as
bieing 3 strong predicdtor of depression in those caring for someone with HO (Pidoett =t al., 20077

Athough fr people living with HD medication is often the main approach in supporting peeple with mood dificutties,

preferred option for people with HO and there could be atemative options.  For esample, in another neorodegene rative
dizeas=e, Parkinson's dizeaze (PO), while medication may be usedto support people with the p sycholagical difi ctties
the y eap erience, there is increasing e wdence to support the use of psychological interventions in this population
[Chardimou, Seamons, Selai & Schrag, 2011; Dobkins et al., 20117, induding mindfulness-based cognitive therapy
(MBCT; Fitzpatrick, Simp=son & Smith, 201070, Ouetothe lewl of distre 55 both people with HO and their partners
esperiencs, itis impor@nt to understand what people think about the support awailable and treatment they receive.

MBCT is an eight week group therapy deweloped by Segal, Williams and Teasdale (2002 Jwhich teaches mindfulne ==
skills through a Ange of pradtica = with the gim of preventing the reoccumence of dep ression (Gu, Strauss, Bond &
Cavanagh, 2015). PrewoushyMBCT has been piloted with pe ople with Parkinzson’s disease who found it improwed
their paychological well-being (Fite patr ck, Simpson & Smith, 2010%. MBCT istherefore going to be piloted for
individuals with HO withthe aim of all evating psychalogical distre 5= directhyin people with HD and indirectly in teir
partners, Athoughthe partners will not be directly patticipating in the MBCT groups, higher levels of mindfulness hawe
been shown to be associated with higher levels of sa3ti sfaction in parner relationships (Bames, Brown, Kmsemark,
Campbell & Fogge, 2007).  Furthemmore, people engaged in MBCT hawe reported increased empathy and perspe dive
taking, allowing them to respond more mind Ly in relaionships (Bihar & hidllan, 2014

Consequent v, this study aims to inwestigate both individuals with HD and their parners’ understanding of
paychological dificulies in HD and their wews of psychological thermapy.  Participants will be recniited fom those who
are dueto ke part in the tial o fBCT and th ereforethe study will focus in particular on mindfsine sz and people's
knowledge ofthiz, as well a=their hopes and espectations or MBCT. This study will adopt a qualitative methodology
to obtain detailed accounts of people with HO and their partners understanding o f psywchological dificulties and
expedtations of psychological therapy.  Inorderto address this, semi-strocturad interview s will be conducted and
analyzed byinterpretative phenomencl ogical anal ysis (IPA; Smith, 20097,

Aubeeluck, A, Buchanan, H. & Stupple, E. M. (20123, " Al the burden on allthe carers': exploring quality of life with Bmiky
caregivers of Huntington's disease patients. Quality o f Life Research, 21, 1425-1435.

Aubeeluck, A & Buchanan, H. (2007). The Huntington' s Dizease quality of life battery for carers: reliability and walidity.
inical Genetics, 71, 434445,

Bames, 5., Brown, KW, Krosemark, E., Campbell, . K. 2 Ragge, B. O. 2007 The role of mindfulness in romantic
relationship satisfaction and responses to relationship stres=. Journal of Maral and Family Therapy, 33 (49, 482-600 .
Bihari, J. &Mlullan, E. (2014). Ralating hindilly: A Qualiative Ecploration of Changes in Relation ships Through
hindfulness-Based Cognitive Therapy. Mindflness, §, 46-59.

Charidimou, A, Seamons, J., Selai, ©., & Schrag, A (20115 The role of Cognitive - Behawoural Therapy for patients with
depression in Parkinson's disease . Parkinson's disease, 2011,

Cobhkin, F.O. henza, ki, Alen, LA, Garg, bl A, bk, b H., Tio, A, ... Fiedman, J. 02011 Cogniti we behaw oural therapy
for depression in Parkinson's disease: Arandomised, controll ed thal. Amercan Joumal o f Psychigtry, 168 (100, 1066-
1074,

Fitzpatrick, L., Simps=son, J. & Smith, A (20100, Aqualiative analyss of mindfulness-based cognitive therapy (MBCT Jin
Parkinzon's diseasze. Pewhology and Psychotherapy: Theory, Research and Practice , 83 (20, 179-192.,

Gu, ., Strauss, C, Bond., R, & Cawanagh K. (201 5. How do mindialness-based cognitive therap oy and mindfulness-
based stress reducti on improwve mental health and well-being? Asystematic rewew and meta-analysis of mediation
studies. Clinical Psychology Re vew |, 37, 1-12.

kay, C., Fisher, E. & Hayden, b. R. 2014, Epidemiology. In: Bates, G., Tabrzi, 5. J. & Jones=, L. (eds=.) Huntington's
dizease. dth ed. Oxiord: Oxford University Press.

Keenan, K.F., Simpson, 54, Medzwbrodzba, £, Mexander, 04, & Semper, J. 020130 How do partners frind out about
the righ of Huntington's disease in couple relationships. Joumal of Genetic Counselling, 22, 336-344,

Kifawood, 5.C., Su, L., Conneally, b, & Foroud, T. (20017, Progression of symptoms in the eary and middle sEge s of
Hurtinton's dizease . Archives or Meuralogy, 58 (20, 273-278.
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kremer, B. 2002. Qinical neuralogy in Huntingto n's disea=e. In: Bates, G, Harper, P. & Jones, L. (ed =) Huntington's
dizease. 3rd ed. Ouxford: Oxford Univwersity Press.

hzcatee, Wi, P, Firth, L. & C'connor, E. (20097, A Comparisen of bood and Quality of Life Among People with
Progres=sive Meurological lliness:=s and Their Caregivers. Joumal of Clinical Peyehologyin Medical Settings, 16, 355-
362

Paul=zen, 1.5, Mehl, C., Hoth, K.F., Kanz, J.E., Benjamin, b, Conybeare, B, ... & Tumer, B. (2005, Depression and
stage s of Huntington' = dizease . Joumnal of Neuro psywchigtry and Clinical Mewrosdences, 17 (4, 496-502

Pickett, T., Atrmaier, E., & Paulsen, J.5. (200 7). Caregiver burden in Huntington's disease. Rehabilimtion Psywchology,
G20, a8,

Fead, J. E, A T.P., langbehn, O. K., Owen, G, Odm, A, Leawit, B. B., Roos, R.a. C, Stout, J. C., Tabrzi, 5.J., Craafurd,
0. & hwastigators, T.-H. (20100, Quality of li® in Hontington's diseass: a comparative study investigating the impad on
spouses ofthose with premanifest and eady disease. Joumal of Meuralogy, Neurosurgery & Psychiatry, 81, A23- A4
Segal, ZW, Willliams, Jh., & Teasdale, J. (2002 ). hindfulness-based conitive therapy for depression: Anew approach
to prewenting relapse. London, Uk Guildford Press.

Srmmith, J. A CZ009). hterpretative phenomenological analysis ; theory, method and research. London, Sage.

illliams, J. K., Skirton, H., Paulsen, J. 5., Trpp-Reimer, T., Jarmon, L., Megonigal Kenney, b, Birer, E., Hennig, B. L. &
Honeyford, J. (20097 The emotion al experences of Amily carers in Hurtington disease. doumal of Advanced Mursing,
G5, TE9-795.

B3, Please summarize wour design and rmathodo gy, & showld be clear exactly what will kappen o #re eseamh
Please oo phede this sectfon iv language oo pm fensidhe o e lay persor.
Ch rot sl epmodece o eferto e podoco! . fuler gedda aoe @5 avadad ke indie goidance motes.

Deszign
This study will collect qualitative data fom both people with Huntington's disease (HO) and parners of people with HO.

Semi-structured interviews will be conducted with people with HD and partners of people with HO prior to them
engaging in @ mindfuln ess-based cognitive therapyinal. kterdew s will be analysad by interpretative
phenomenalogical analysis (IPA; Smith, 20097 with the data being analysed separately for people with HO and their
partners. |IPAis widely us=ad in psw:holo gical reszarch and explores how a homogeno us group of people und erstand
and make sense oftheirexperences (Smith, Flowers & Larkin, 2009).  Howewer, ifthere are insufficient participants
(either people with HO or parmers of people with HOJthen the data will be analysed using thematic analysis (Braun &
Clarke, 20067

fukthind

People with HO will be recruited fromthe MBCT fial. Potential participants will be informed about the research when
they hawe apted into the MBCT trial. Those suiable ©orinclusion in the sody will be provded with an infemation pack
inczluding a participant infrmation sheet (@ppendis 37and consent to contact form (@p pendix 45 either Wa post, email or
in perzon bythe recroiters forthe main MBCT trial (Or Fiona Bedes & OrJane Simpson)with @ oo wer letter @ppendis
5y Az parners will be recruited throughthe personwith HO engaging in the MBCT programme, ifthey ane interested,
aninfrmmation pack forthe partnerwill be sent tothe personwith HO va email orpost. Theywill then be askead to
pass this onto their partner.  The information pack will contain an in ormation sheet and consent to contact form.

They will then ke asked to contact the re searcher (3 the consent to contact form, e mail or telephone’ for an initial
dizcuss=ion regarding the re=zarch to consider wheth erthey would like to take part.

Due to the study only requiring a small number of participants thers is the potental for people o opt into the sody oncs
the target has been reached. Inthis instance, potent al pa icipants will be contacted bythe re searcher informing them
that the target sample has been met.

li peopla with HD and their parmers d ecide totake part inthe research then a motually convenient interview Gme will be
amanged. Parficipants will be interdewed individually either at home or at 8 oo mmunity locgtion convenient for the
participant. People's partners do not hawe to @ke part in order forthe person with HOto @ke part and wvics wersa.
Howewer, ifthe person with HO dedide s not to participate then p armer will still be recruited in the same way viathe
personwith HO. Before commencing the intervew the rezearcher will check each participant has read the participant
information sheet and go throughthe con=ent o @ppendis 6 & 71, anawenng any que stions participants may hawe.
Participants will be interview ad priorto the person with HO engaging inthe MBCT programme.  Interview s are
anticipated to last approximately G0 minstes per person. A the end ofthe interdew participants will be debriefed using
the debrief sheet (appendix 8 containing source = of support shoul d they re quire this.

Telephone interiews may also be conducted if paricipants are not abletomeset.  Ifthis is the case, a consent form
will be posted to the paricipant and retumed prior to the interview.  Particpants will be debriefed owerthe phone as
wellas havngthe debrief sheet posted oremailedto them following the interviaw .
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8141, Inowhich aspects of the research process hawve you activel v inuolved, or will you inecve, patierts, senice users,
ardsor their carers, or membsrs of the pobic?

[] Design ofthe rezearch

[ meEnagement afthe re szarch
[] Underaking the reszarch

| | Analysiz of nesults

[] Gissemination of findings
[+ Mone ofthe abowe

Give delails ofinvole semt, or Frome please @y ve absence of ivvolve s ent.
Pdvice was sought fom the Huntington's disease assodation in the design of the materials for the main MBCT trial
and the same advice was followed in the design ofthese matedals.

BA7-1. Pleaze list the principal inclusion criteria [list the most importart, mae 3000 chamcters ).

To participate in the present study paricipants must meet the following critena:
- Peaple with HD will be signed up to participate in the MBCT tral.

- Partners of those signed up to parficipate inthe MBCT tmal .

- Paricipants must be aged 18 or ower.

BA7-2. Please list the principal esclusion criteria [listthe rmost important, mae 3000 characters .

People with HO and partners of zomeone with HO not enrolled on to the MBCT thal will not be eligible forindusion.

B8, Give details of all moreclini cal inbervention(s ) or procedure] s Jthat will be received by paticiparts as part of the
rezearch probocol . The s ool e ding oo esend, inbende ws, mon-clinioal ob servabions amd wee off gue R 5.

Please complete the column s foreach intervention/procedure as ollows:
1. Total number of intenventionsprocedures to be received by each participant as part ofthe research protocal

2. Ifthis interventionprosedure would be routinely given to participants a= part oftheir care outside the nesaarch,
b mary ofthe total would be routine?

3. Pwrerage ime taken perintervento nprocedura (mingtz s, hours or days)
4. Details of who will conduct the interventiond rocadure, and where it will @ke place.

Interwention or procedure 123 4

Introduction of research study (person 1 10 Face to face conersation with Fiona Bscles or through the post.
with HD and partner

Feceive an email or post information 1 5 Rachael Theed
pack and consent to contact form

Initial conversation (people with HO 1 14 Telephone conversation conducted by Rachael Theed
and partnars)

Provide written consent 1 14 Taking of informed consant by Rachasl Theead at a location
core nient for the participant

Be interiawad prior to engaging in the 1 G0 Participant will be interiewed by Fachael Thead either at their
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MBCT trial hame ora community location oo neenient to them or Wa
tele phone

821, How lomg do you expect each paticdpant tobe inthe stody intotal?

Participant= will opt intothe study approximately betw een July-September and will hawe been interdewead bythe end of
October 2015, Therefore each participant will be in the study fr approximatelythree manths.

222 wWhat are the patertial dsks andburdens for research participarts and bow will you minimise therm™?

Faral stwie 5, desorbe an i poendal advers effcls, pain, diszom b, distess, e Son, imconvemkemte orchanges
to Mo Rue . Ol y deseibe dshs o bevdle s it cowld ocowr ax a sl off parbicipadion in e e samb. Say what seps
would be Bier bo aivinis dsks amd berd'ens a5 B as possle.

Ouring the interviews there is the potential ©or participants to become distressed due to the sensitive nature ofthe
research. 5Should this occur, participants will be given the opporunitytotake and break and ashke d wheth erthey
would like to continue ornot. They will be debriefed at the end afthe interview and provded with a list of contacts for
support should they feel this necessany.

B2 W rbendiewsd goestionraires or group diseussions include topi cs that rmight be sensitive, ermbamassing or
upsating, oris it possible that criminal orother d sclosures requiring action codd oo daing the study?
@iYes (Mo
¥ es, please give delils of prooedwe s it place o deal with these issues

Ifa participant become distressed during the interiew then they will be given a break and the researcher will checdk
whethertheywish to continue or not.  Partiicipants will be debriefad afterthe interview and provided with 3 contact list

of support services should they el this necessany.  If a participant pose=s a risk of ham, either
to thems=elwes orothers, then the researcher will info articipant with HO's treating dinician’ or

other appro prigte autho rities.

B24 what i = the potential for berefitto research participants7

There iz no direct beneftto participants. Howewer, the insight gained into people’s espefence 5 of psychological
therapy and expe aationsthopes fortherapy will contribute to the evidence base frthe need for psychological therapies
to b widely available for people with HO.

D26 What are the potertial risks for the researchersthemselves? #any)

Wbz n lon e working the researcher will follow the Lancashire Care Foundation Trust lone working palicy. Ad esign ated
person (@ fallow traines) will be provided with the resea rcher's conta ot details and information a bout the appointment
time and duration. They will further be provided with contact details ofthe interview location and inte riewee (in 3
zealed enwelope , onlyto be opened in an emergencyl. When the interdew is finishedthe researcher will contact the
designated person to inform them that the inte riew iz complete.  fthey do not receive this contact then atempts will
be made to contact the researcher.  Ktheyare unable to make contact then th ey can open the sealed envelope and the
appropriate authorties will be informed.

B2T7-1. How will patertial participarts, records or samples be identified? Who will camy this odt and what resounzes will
b Lmed? For example | iderdfoalion o ay involwe a oisea = megisken, com pulenized @ amh of GF moomls, or e e ol
ared'ical ooy, wdicale wie ther this will De dome Oy the diect heafffcae Eas or Oy eseamhers acling amder

amange ments with the esponsble care oganistions).

icd i i 2 di i ideni and recruited into the WMBCT trial bythe clinical team at
then initially approached by either Or Fiona Bszles or Or
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JBane Simpson.

willthen be s2nt aninfmation pack and consent to contact ©rm sh ould they wish 4o bnow mone about the re search or

opt in.

A27-2 .l the idertification of potertial paticipants inwolve reviewing or screening the idertfiable pereomal
irformati on of patierts, sendice users or amy cther person’?

Tifes @ HNo
Flease give defails Delow:
Participant= will already hawe been sereened to engage in the MBCT thal.

B28 Wil any participarts be recruited by publicity throogh posters, leaflets, adverts or websites?

i dez @ MNo

A2, How and by whiom will potertial participarts first b2 approached?

Paotertial paricipants will initially be approachead by eiher Or Fona Bxcles or OrJane Simpson when dizcussing the
MBCT trial. Fiona Bocles will prowide them with an information pack and consent to contact o if they wishto discuss

the study farther or opt in.

A30-1 il yow obtain infomied coreert from o on bebalf of esearchpaticipants?

@ es (Mo

¥ yow will be obfaining oot foa adult padicipantz, plea = give details of who willtabe comse it amd fow i will be
dorme, with details of any sheps o pmvice infuere abion (@ wilter dnbeme adion sheed, wileos, or indemctive o alerial).
Arrang erents for adults wmable o consent @ rbbes shve s should be desorbed sepambely in Fardt B Seofion 6, amd for
childen i Part B Seclion 7.

¥ yow plan to seed infome ed corsent foa valveable gmops, say bow you Wil ensue dral corsent is volurdany and
oy o e,

Infermed writen consent will be obi@ined by Rachael Theed . Particpants will hawe been provided with a participant
information sheet explaining the purpoe 22 ofthe study and what the study will ineo e, Wntten consznt will be obtained
face to face where possible prior to conductingthe interdew =, I the case o flela phone intervew s, particdpants will
hawe been posted oremailed a consznt form which will need to be retumed prior to conducting the interiew.

Yo are mod obiaiving conme o, pleas explain wiy mod.

Fleam emlose 3 cop i off e infoms alfor sheet(s)] amd comsent fome (5).

A.20-2 il you record inforned corsert [or addice from coreuttess linwrting?

i Yas (Mo

B2 . How lorg will oo allone potertial pari ciparts to deci de whether or not to take part?

Participants will hawve a couple of weeks to decid e whether or not they would like to take part.  They will be given the
information in August 2015 and will have untilthe beginning of Septamber 2015 to decide due to the intervizw s
neding to be conducted priortothe MBCT course which is anticipated to commence in October 20145,

A23-1 . What amengerments have been made for persone who might not adequetel y urderstand verbal explarations or
writtern irformaion gvenin Ergdish, or who bave special cormmunicationneads? @ g. fansador, wse of idempeders]

Due to participants needing to understand werbal instrudtions and explanations givenin English during the MBCT trial,
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potential participants in this study will understand English. Those who do not will hawe been exduded prior to being
approached to take part in this research.

035 what steps would youtake if 3 paticipant, who bes guvenirformed corsent, loses capacity tocorsent during the
stady? Tiolrore apdion amly.

1 The participant and all idertifiable data ar tissue collected would be withdrawn fromthe study. Data or izsue which
i= not identifiable to the research team may be re@ined.

& The participant would be withdrawn fom the study. Hentifiable data or fiszue already collected with consent would
b retained and usedin the study. Mo farher data ortissue would be collected or any other research procedures camied
out anor in relaion tothe participant.

i The participant would continueto be induded in the study.

1 Mot applicable —informed consent will not be saught from any participants in this research.

7 Mot applicable =it is not practicabla frthe research team to monitor cap acity and continued capacity will be
assumed .

Further detads:

Fyow plan o mdain amd i abe fudher e ofidentable daladissue Blowing boss ofcapaciy, wow shoold i
pardicip ants about Hhis when sedbing Heeir consent i fally.

36 W o be undertakingany of the follow ng activities at ary stage [including inthe identification of potertial
participants T4 Tiah ax appm priake )
[] Acoess 1o medical record s bythose outside the direct healiheare team
|wd Bectronic transfer by magnetic or aptical media, email or computer netw arks
[[] sharing of personal data with other organisations
[[] Expart of personal data outside the EEA
[w e of personal addresszes, posteodes, e s, emails ortelephaone numbers
|%d Publication of direct quotations from respond ents
[[] Publication of data that might allow identid cation of individuals
[¥ Use of audio Aisual recording devices
[+ #torage of parsonal data on any ofthe Gllowing:

[+ hanual files including X-rays
[[JHHE computers

[] Horme or ather personal computers
| Univarsity computers

[] Private company computers

[] Laptop computers

Rurther delails:

A28, How will yiou ensure the corfidertiality of personal data?Pleas pmovide a geneml! Rake aent o e policy and
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procedies for ensumng confidentiaity, e, amaynimbion or peead o isadio mof dala .

Al personal da@ will be confidential. Each participant will be given a pseudonym to ensure all quotes are not
identifiable. Furthermore, all interdew data will be anonymised as far as possible

B0 Wbo will have access to paticipants’ personal deta during the stody? Ve e access is by imlividial s outsicle He
direct care hean, pleame sl amd |y whetherconsent Wil be gkt

The principal researcher and her supervizors will hawe access to participants’ personal data.  Thiz will hawe been
provided by each particip ant at the beginning o fthe nesearch .

843, How lorg will personal data be stored or accessed after the study has ended?

{_Lessthan 3 months
{73 —6 manths

16 —12 months
212 marths -2 ears

(0 Dhuer 3 years

Flomgerthan 12 months, please fesli:
Con=ent forms will be scanned and stored onthe university server for 10 years. Paper copies will be destroved at this

point. A1 other personal da@ will be destroye d once the research has been submitted. Howewer, if participants request
a copy ofthe results then their contact detilz will be kept until they hawe bean sent out.

D46 Wl research participarts receive amy payments, reimbursement o expenses or any otber berefits or incertives
for taking part inthis research?

A7 W irdividusl researchers receive amy personal payrment over and abowve nomal salary, or ary ather benefits or
incertives, for taking part inthis research?

Ties N0

43 Ooes the Chief vesti getor or any otber irvesti getor Lol laborator have any direct persond ired vernent [eg.
fimarcial , share bold ng, persoral relationship g, Jinthe onganisatiors sponsoring or fundingthe researchthat may
giwerizetoa possible corflict of inberest?

(d¥es Mo

AA9-1 Wl oo irformn the partici parts ' General Pracitioners [andéor amy otber health or care profess onal resporeible
for their cane ] thet they are taking part inthe stody?

ez @ HNo

s, pease endbose a copy offthe inbem abion sheetdefterfor the G Aheallh podfessional with a version musber am daie.
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‘Wil the reseanch be reg stered ona public database?

=

Trfes @ Mo

Flease give delails, or il 7ol egiskding e ereamh.
The main MBCT frial is registared.

ctinicalTrials.gov 10|

Regizmabion of eseamh sudies i5 e mowraged e e posslke.

Yoo fia wbe able o egiser your sudy hmoough yowr WHE o avdm or or @ register e Oy @ aredical reseamch chanty,
or putlish your protoco! Hemogh an open acoess pubiisier. ¥ vou ae a wae offa suiable register orodher & etiod of
publication, please give detadls. ¥ aot, wour sray imdicale that o mutable egiskerexizs. Please ensue that pou kave
entered mgishy efeente qorbe o) i guesior 43-1.

B35, Hoow doyod inkerd to report and disseminate the results of the study™? Welras appopraile;

¥ Peer revewed scientific joumnals
[]Irternal report

|4 Conferance presentation

[] Publication an web ste

[] Cther publication

[] Submi=sion ta regulatory authorities

| |Aocessto aw dat@ and rightto publish freely by all investigators in study or by Independent Steering Committes
on behalf of all investigators

| |No plansta report or di sseminate the results
[C] Cther ipleaze spacify

233w oo i rformn participants of the resdts?
@ Yes Mo

Please give deails of how woo willinfome particl pants or sty @ mot dodng 50,
Participants will be sent 3 copy ofthe results ifthey request them.

B34, How has the scientific quality of the research been assessed? ok as approprale;

| |Independent e stemal revam

[] Review within a company

[] Review within @ rmu li- ceritre research group

[ Review withinthe Chief ihwestigator's institution or host organisation
| | Feview withinthe reseanch team

[]Review byeducational supenisor

[ cther

sty amd e modbe the evie w process and owtoonr e FiTe e re a F beer amdlertate m but ol seen by e
e amher, give defads ofthe body which has endedBien e eview:
The research has been reviewad bythe Lanca ster University research fotors.
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For all shudies except mor-dochoral sudent esea mh, pleam® enclo® a cop yofany avadable sofentiie onifigue meports,
fogether with any elated core spomdence.

For mo-oociom  Fudlend eseamh, please enclose a copy ofthe assesmare o fos oo educaliona)l supe s ineitation.

A58 Wiat is the sample size for the research? How sany padficipanisFam g esidata eoomls oo yow plas bo Swdy iv odl?
Fhem ismooe than ome gmap, please give dedier dedaily beloow,

Total UK sample size: 24
Totalintemational mample size Gnduding UE):
Total in Buropean Bconomic Area;

futher delails:

BED. How was the sample size decided upon? Fa formal sample size calalation was used, indicale how this was dome,
Riving suricdent ifom afor o Rl amd epmdice e calowlabion.

Thiz iz a suficient number of participants to analyse the data using interpretative phenomenalogical analys s P A
Srmith, 20097

BEZ. Please descrbe the metbods of analysis [statistical or ather appropriate methods, &g, for goalitative research ) by
whichthe daa will be evalimted to meet the study chjectives.

Followin g each interew, the data will be franscibed.  Wterpretative phenomen ological analysis will be usedto
analyse the data, following the st ges outlined by Smith (20097, 1PAis widelyusadin psywchological research and
gimsto explore how homogenous groups of people understand and make sense oftheir personal and socal world
(5mith, Flowers & Larkin, 20097, Interiews will be transcribed and analysed individually, intum. Transcripts will be
read and re-read with initial notations relating to the data being made in the mangin which will be used to identify
potential theme s across transcipts. Dat@ will then be organised into superordinate themes including aub-themes
whene 3 ppropriate.

Smith, J. A (2009, Interpretative phenomenological analysis ; theory, method and research. London, Sage.
Smith, J A, Flowers, P. & Larkin, b, (20097, hterpretative phenomenola gical analysis: theory method and research:
understanding method and application. London, Sage.

BEZ. Other keyirnestigatorsiollaborators. Pease incud'e all gra st co —applicands, potoco! co—awthors and other ey
e gibers offte Ghiel e sigator's teasr | including mor-dodom! Suwdendt ereambers.

Tile Forenamednitials Sumame

Or  Jane Simp=on
Past Fesearch Director, DclinP=y and Director of Education ©or OHR
Qualifications BA(Hons), BSc, PhD, OQinPsy, CPsywhol
Emplayer Lancaster Uniwersity

Whark Address DOactorate in Clinical Psychology
Fumess College, Lancaste r University

Lancastar
Post Code Lt 44T
Telephone 01524592807
Fax
hlobile
Whark Ermail j.simpsonZi@lancaster.ac uk
Crate: 27072015 17 B0 QYE 55 52M 502
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Tile Forename/nitials Sumame
Or Fiona Exles
Post Lecturer
Qualifications M Phys, OPhil, Grad Dip P=sych, OQinP sy, Certifcate in Academic Practice
Employer Lan caster University
WMiark Address Dactorate in Clinical P=ychaology
Fumess College, Lancaster University
Lancaster
Post Code LAl 4nT
Tele phone 01524592807
Fax
hdobile
Wiark Email feoles(@lancaster.ac uk
Tile FaorenameAnitials Sumame
]
Post :
Qualificat ons
Employer
work paress [
I
Post Code -
Telephone
Fax
fdabile
ok Email
BE4-1. Sporsor

Lead Sponsor

FEUS: % NHE or HEC care organisation Commercial stats:
& frademic
7 Pharmace utical industry
£ hedical device industry
7 Local Autharity
1 Other zocial care provider (neluding voluntany sector or private organisation]
i Other

¥ Cfer, please speciy:
Contact person

Mame of ongani sation Lancaster University

Given name O bbie
Family names Khight
[rate; 270720145 12 12401 3EEEE M /502
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Addre s Research Support Office, B5S Bowland hiain, Lancaster University
Tawmnszity Lancaster
Post code Led 44T
Courtry UMITED KINGOOhA
Telephone 0152 4592605
Fax
E-mail ethi o= [@an casterac.uk

Isthe sponsor based outsde the UK?
{I¥es & Ha

Uriter dfre Remamh Govemante Gas e work e Health and Social Gare, a sporsorogisice e X & wstappoint a
g ale pres niglive established in the UK. Please consult the guidane motes.

BES. Has extemnal funding for the research been secired?

| |Funding secured from one ormore funders
[]External fanding application to one or more funders in progress
[%4 Mo application for external funding will be made

that type of research proje o is this?
@) Stan dalone project
" Project that is part ofa programme grant
i Projectthat iz part ofa Cartre grant
) Projectthat is part ofa ®llowship! personal award! researchtraining award
£ Other
Oiher - please state

BET. Hasthis or 3 similar application been previous]y rejected by 3 Research Ethics Committes inthe UK or ancther
contry’?

TiYes @ Mo

Fleam povide 3 copy ofiflhe erBvosable opivion e dhenis). Yoo sould explain in wor answer bo gue stion A 6-2 fow the
MEaF0E for e aniavouable opimion have been addess o i Hhis ap plicalio m.

BES-1 . How long do you espect the study tolast inthe UK?

Planned start date: 03082015
Planned end date : 13052016
Taotal duration:

‘Yfears: 0 Months: 9 Days: 11

A71-2 . Wbere will the research take place? (Tidr a5 appm prale )

&4 England
[] Seotland
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] wiales
[] Morthem kreland
[] Other countries in Buropean Bxnomic Area

Taotal LK sites in study

Oioes this frial irwolve courtries cutside the ELE?
TiYes @ Mo

A72 wbhat host ongani sstions [MHS or otber Jinthe UK wll be rezponsible for the research stes? Pleare irdicate e
tepe of orp anisadio & by Hobing e box and' give ap pocina e mo bers of plamme o e sanch siEE

[JHHS% organisations in England
[[JMH% organizations in Wales

| |[MH% organisations in Scotland
[[JHSEC arganizations in Horthem Ireland
[[]GP practices in England

[]GP practices inWales

| |GP practices in Scotand

[[]GP practicaz in Horthem Ireland

O

[[]Phaszea 1 tral units

| | Prizon &stablishments

[]Probation areas

[JIndependert ho pitals

[+ Educational establizhmerts 1
| |Independent research units

[ Other (give details)

Total UK sites in study: 1

BYE-1 . What armngerments will be made for ireurance andfor indemnnity to rmeet the potential legal liability of the
sporeod s for Farm to partici pant=s ad sing from the manage mert of the research? Please foliboxfes) as applicable.

Nt Where a Y ogamésatio rlas ag eed fo act a5 sporsoro roo-spoasoe, inded ady i prowioe d Bhoeg A0S solvenies.
hdicate 7 ivis applies (e m is moome eddo provide docos entary e viderce ). Forall obler spon s, please deszibe the
araig ene niE amd prooide e widemre

[[IMHS indemnity scheme willapply (MHS spon 2ars anly)

|w Otheer insurance or indemnity amange ments will apply (give details below )

Lancaster University lagal liability cower will 3 pply

Fleam embose a copy of e koant docy fents.

ATE-2 . What arengements will be rade for ireurance and’ or indernrityto meet the potential 1egal liability of the
sporsod s ] or emnpl oyerfs ] for hamn o paticipants ansing from the design of the research? Pl ass o bosfes) as

Date: 27072015 20 20 WEAE552M M50 2
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appiicable.

Nbde : Wheme mmambers with mub Santi e HY esplowment contraas ave desgmed dhe e reamh, imdesr nity is provided'
throwgh (S mehes es. Foizate iy applies @hem iz mo meed do pmodde docus enBny evwdemee ). e odber prodocol
authoes (B 4. 00 DAY el e e, Wiversty fem Ders], please de monbe the amange ments and proidle @ wioe e

[[JHH% indermnity scheme will app hy (protocol authors with NHS contracts only)
|wed Cther insurance or indemnity amange ments will apply (give details below)

Lancaster Uniwversity legal liability cower will a pply

Fleam emilose d copy ol & koant dooy fents.

ATE-3 . What armngerments will be made for ireurance and’ or indernnityto meet the potential legal liability of
irwesti getorsicollaborstars arizsing from hamn to paticipants inthe conduaet oF the rezearch?

Nibde : Where dhe paricip ands a e NS patients, imdes ity is povded Hemogh e RS soked es or dhmoog b professional
e fiily. Wndicade @iz applies to fe whole stedy @reme is o meed o proowae docarrentacy e widkmoe ). Whee mon-HYy
Fresare o be frokede d i Be reseanch, including prvade praciices, pease desedbe the armnges ents whiick willbe & ade at

the = stes and pm vde e widenoe.

[ MH% in dermnity scheme or prossional indemnity will 3pply (participants recruited at NHS sites only)
[} Research indudes non-MHS sites (give details ofinsmurance findemnity amangements for these sites bealow?)

Lancaster University legal liability cower will 3 pply

Fleas emose d copy ol e keant docw aents.

Date: 27072015 21 20 WEAE552M M50 2
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Flease enter details of the bost organisations [Losal duthority, NHS or other] inthe UK that will B2 resporsible for the
research sites. For S stes, e ko omganimtion is e st or Healtl Boam. Mikere de e amh ste i5a prinary cam

ste, eg. GF paAckee, peamw insrtthe o omganimtion (PCTorHealth Boam) inthe Rsltetion mw amd dvsed e mseamb
ste fe.g. TP prackioe ) i e Oepartsent mow.

Research site westigator! Collaboratord Contact

Institution name  Lancaster University Title hizz
Department name Doctorate in Cinical Pewehology, Division of Health Fesearch FIFS.I name! Fa ch3el
Streetaddress  Fumess College, Lancaster University hitials

Tewnity Lancaster surname Theed
Post Code L&t 44T

Participant [dentiication CentrelPIC ) Caollaboratorf Contact

[Date: 27072015 = 1240 WeaEa5a M 52
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MHS REC Form R efarence: IRAS Wersion 50.0

1A T HIOETT

1.

1. Declaration by Chief investi getor

The information in this form is accurate to the best of moy knowledge and beliefand 1take full responsibility forit.

lundertake to abide bythe ethical principles underhing the Declaration of Helsinki and good pradtice
guidelines on the proper conduct of e search.

lithe research is approwed | undertake to adhers tothe study protocol | the tenme ofthe LIl application as
approwved and any conditions set out by revew bodies in giving approal.

lundertake to notifty review bodie s of substantial amendments to the protocol orthe termes ofthe approwed
application, and to seek 3 Bwurable opinion from the main REC before implementing the amendment.

lunder@ke to submit annual progress reports s=tting out the progress ofthe research, as required by review
bodies.

lam aware of my respongibilityto be up to date and comphy with the requirements ofthe law and relevant
guidelin ez relating to securty and confident ality of patient or other personal data, induding the neead to register
when necessany withthe appropriate Data Protection Oficer. lunderstand that | am not pemitted to discdo sz
identifiable datato third paries unlessthe disclosure has the consent o fthe data subject or, in the case of
patient datain England and Wiales, the disdosune is covered by the terms of an approval under Sedtion 251 of
the MHS fct 2006,

lunderstand that res=arch recordsédata may be subject to inspection by review bodies for audit purp oses if
requined .

lunderstand that any personal data inthis application will be held by rewew bodies and their operational
managers andthat this will be managed according to the principles established in the Dat@ Protecton At
1093,

lunderstand that the information contained in this applicgtion, any supporting docume niation and all
comespondence with review bodies or their operational managers relating to the application

o Will be held bythe REC (where applicable’unt] at least 3 years after the end ofthe study; and by NHS
R&0 ofi ces (where the reseanch requires HHS management permission) in aczordance with the HHS
Code of Practice on Records Management.

» hilaybe disclosedto the operational managers of revew bodies, orthe appointing autho ity for the REC
fwhere applicable), in order to check th at the application has been processed comectly or to investigate
any complaint.

# hiaybe seen by auditors appointed to undertake acorediation of RECs (where applicabl &),

» il be subject to the provizions of the Freedom o f hformation Acts and may be disdo 22d in responsze
to reque st= mad e underthe Acts except where statutory exemption s apply.

» hlaybe s=nt by emailte REC members.

lunderstand that infenmation relating to this research, including the contact detail= on this application, may be
held on national research information systems, and that this will be managed according tothe principle =
established inthe Data Protection Aot 1993,

Where the reszarch is reviewad by a REC within the UK Health Departments Reseanch Bhics Service, |
understand that the summary ofthis studywill be published onthe webste ofthe Mational Research Bhics
Service (NRES), together with the contact point for enquiies named below . Publication will take place no earier
than 3 months atterissue ofthe ethics committee’ = 4nal opinion or the withdrawal ofthe application.

Cortact poirt for publication(fial ap plicable & 8&0 Fom 5)
MEES wowkd e o incdedle 8 conlaot podst with the pubdisved sona ary of e Sudly forbvose wishing fo el diriier
i abor, We would be g e i oo wow b imdicate ome oftle contadt poinds Dedow.

) Chief Investigator
7 Sponaar

Date: 27072015 23 20 WEAE552M M50 2
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7 Studyeo-ordin tor
7 Studert
i Other — pleasze give details
) None

Bocess toapplication for treiring purposes (it ap plicable ®e 8RO Fomi 5]
Cpbional — ple a== ticha s appmprialke

[]1 would be cortert %r members of sther RECs to hawe accesstathe information in the application in confidence
far raining purpa ses. All personal identifiers and references to sponsors, finders and research units would be

remoued.

Thiz saction was dgned elecronically by Miss Fachael Theed on 22072015 15:59.

Job Title/Post: Trainee Clinical Psycholagist

Organization: Lancastar University

Email : rihee d@ancaster.ac ok
Crate: 27072015 24 B0 QYE 55 52M 502

A Research Ethics Committee established by the Health Research Authority
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MHS REC Form R efarence: IRAS Wersion 50.0
ASMTHIOESTT

[&. Declaration by the sponsor's representative

Yrihe e is srore than ome sponsor, Bhis declambion showld be s med onbekal ofthe co—sponsors by a epresntative
ot lead sponsor adaed at A6

| conim that:

1. This re=s=arch proposal has been discussed with the Chief hestigator and agreement in princpleto sponsor
the neszarch i in place.

2. An approprigte process of sdentific crtique has demonstrated that this research proposal is worthwhile and of
high sdientific quality.

3. Ay necessary inde mnity or insurance amangements, 35 descrbed in question A7 G, willbein place befora
this re search starts. Insurance or indemnity policies will be renewed for the duration ofthe study where
necessany.

4. Amangements will be in place befre the stdy starts forthe researchteam to access resources and support
to delivarthe rezearch as propozed.

4. Amangementsto allocate responsibiliie £ ©orthe management, monitoring and reporting ofthe research will
be in place before the resaarch sarts.

Plea=e note: The de clammtors delow do mod form part o e applicafior forapprmoealabo v, The i will ot be
copFaeed by e Reseamh Svics Com o idhee.

6. ‘Wherathe research is reviewed bya REC withinthe UK Health Deparments Fesearch Ethics Service, |
understand that the summary ofthis studywill be publizhed on the website of the Mational Research Bhics
Service (MRES ), together with the contad paint for enquides named inthis application. Publication will take
place no eadierthan 3 months ater issue o fthe ethics committes's final opinion or the withdrawal ofthe
application.

7. Specifically, for submissions to the Research Bhics Committees (RECS) | dedarethat anyand all clinical
trials approwed bythe HRAzince 30th Septermber 2013 (3s deined on IRAS categories a= clinical als of
medicines, devices, combination of medicine s and devices or other dinical trials) hawe been registeredona
publically aczesgble register in compliance with the HRA registration requirements for the UE, or that any
deferral granted by the HRA =il applias.

Thi= saction was signed electronically by A authorsed apprower at ethics @ancaste rac .ok on 24072015 09:19.

Job TitlesPost: Research Support Officer
Organization: Lancastar University
Email : sotaor@ancasterac.uk
Crate: 27072015 25 B0 QYE 55 52M 502

A Research Ethics Committee established by the Health Research Authority
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IRAS Wersion 50.0

[, Declaration for studert projects by academic supervisor=]

1. Ihawe read and approwed both the research proposal and this application. | am satisied that the scient fo content
ofthe research is satizfactony for an educational qualification at this lewel.

2. lunderake to fulfl the re sponsibilites ofthe supervisor forthis study as =&t out in the Research Gowemance
Framework for Heatth and Social Care .

3. Itake responsibility for ensuring that this study is conducted in accord ance with the ethical principles undedyngthe
Dedaration o f Hel=inki and good practice guidelines on the proper conduct of research, in conjunction with dinical
SUperisors as approprigte.

4. ltake re sponsibility for enzurnng that the applicant is up to date and complies with the requirements of the law and
relevant guidelines relating to secunty and confidentiality of patient and other personal data, in conjunction with
clinical supervisors as appropriate .

Moadernic superyizor

Thiz section was signed

Job TitlePost:
Organisation:

Email:

B cadernic superyisor 2

Job Title/Post:
Organisation:

Email:

eleciro nically by Or Flona Bodes on 220072015 16 06,

Lecturer in Health Resaanch
Lancaster University

feccles@lancaster.ac uk

Thiz gection was signed &lectronical by by jane simpson on 27072015 10:14.

Reszarch Directar
Lanzaster Uniwersity

j.simpson? @lancaster.acuk

Date: 27072015

20 WEAE552M M50 2
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s

Health Research Authority

18 September 2015

Miss Rachael Theed
Furness College
Lancaster University
Lancaster

LAL 4YT

Dear Miss Theed

Study title: Understandings of psychological difficulties in Huntington’s
disease and expectations of psychological therapy

REC reference: 15/YH/0377
IRAS project ID: 184010

Thank you for your letter of 14 September 2015, responding to the Committee’s request for
further information on the above research and submitting revised documentation.

The further information has been considered on behalf of the Committee by the Chair.

We plan to publish your research summary wording for the above study on the HRA website,
together with your contact details. Publication will be no earlier than three months from the
date of this opinion letter. Should you wish to provide a substitute contact point, require
further information, or wish to make a request to postpone publication, please contact the

REC Manager, [ g
I

Confirmation of ethical opinion

On behalf of the Committee, | am pleased to confirm a Favourable ethical opinion for the
above research on the basis described in the application form, protocol and supporting
documentation as revised, subject to the conditions specified below.

Conditions of the favourable opinion

The favourable opinion is subject to the following conditions being met prior to the start of the
study.

The Chair noted that if recruitment is expanded and an additional site included then this would
need to be notified to the REC via submission of a substantial amendment.

Management permission or approval must be obtained from each host organisation prior to the
start of the study at the site concerned.

Management permission ("R&D approval”) should be sought from all NHS organisations

A Research Ethics Committee established by the Health Research Authority
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involved in the study in accordance with NHS research governance arrangements.
Guidance on applying for NHS permission for research is available in the Integrated
Research Application System or at http://www.rdforum.nhs.uk.
Where a NHS organisation’s role in the study is limited to identifying and referring potential
participants to research sites ("participant identification centre"), guidance should be sought
from the R&D office on the information it requires to give permission for this activity.
For non-NHS sites, site management permission should be obtained in accordance with the
procedures of the relevant host organisation.
Sponsors are not required to notify the Committee of approvals from host organisations
Registration of Clinical Trials
All clinical trials (defined as the first four categories on the IRAS filter page) must be
registered on a publically accessible database within 6 weeks of recruitment of the first
participant (for medical device studies, within the timeline determined by the current
registration and publication trees).
There is no requirement to separately notify the REC but you should do so at the earliest
opportunity e.g. when submitting an amendment. We will audit the registration details as
part of the annual progress reporting process.
To ensure transparency in research, we strongly recommend that all research is registered
but for non-clinical trials this is not currently mandatory.
If a sponsor wishes to contest the need for registration they should contact Catherine
Blewett (catherineblewett@nhs.net), the HRA does not, however, expect exceptions to be
made. Guidance on where to register is provided within IRAS.
It is the responsibility of the sponsor to ensure that all the conditions are complied
with before the start of the study or its initiation at a particular site (as applicable).
Ethical review of research sites
NHS sites
The favourable opinion applies to all NHS sites taking part in the study, subject to
management permission being obtained from the NHS/HSC R&D office prior to the start of
the study (see "Conditions of the favourable opinion” below).
Approved documents
The final list of documents reviewed and approved by the Committee is as follows:
Document \Version Date
Copies of advertisement materials for research participants 2 13 September 2015
[Appendix 5: Cover letter]
Evidence of Sponsor insurance or indemnity (hon NHS Sponsors 2 13 September 2015
only) [Professional Indemnity]
Interview schedules or topic guides for participants [Appendix 1: 2 13 September 2015
Interview Schedule (PwHD)]
Interview schedules or topic guides for participants [Appendix 2: 2 13 September 2015
Interview Schedule (Partners)]
Letter from sponsor [Sponsor Letter] 1 23 July 2015

A Research Ethics Committee established by the Health Research Authority
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Other [Supervisor CV] 1 29 July 2015
Other [Review Letter] 1 03 August 2015
Other [Appendix 8: Debrief Sheet] 2 13 September 2015
Other [Insurance: Employers' Liability] 2 13 September 2015
Other [Insurance: Public Liability] 2 13 September 2015
Other [Response Letter] 1 14 September 2015
Participant consent form [Appendix 4: Consent to contact form] 2 13 September 2015
Participant consent form [Appendix 6: Consent form (PwHD)] 2 13 September 2015
Participant consent form [Appendix 7: Consent form (Partners)] 2 13 September 2015
Participant information sheet (PIS) [Appendix 3: Participant 2 13 September 2015
Information Sheet]
REC Application Form [REC_Form_14092015] 14 September 2015
Research protocol or project proposal [Research Protocol] 13 September 2015
Summary CV for Chief Investigator (CI) [CV] 17 July 2015
Summary CV for supervisor (student research) [Supervisor CV] 17 July 2015

Statement of compliance

The Committee is constituted in accordance with the Governance Arrangements for Research
Ethics Committees and complies fully with the Standard Operating Procedures for Research

Ethics Committees in the UK.
After ethical review

Reporting requirements

The attached document “After ethical review — guidance for researchers” gives detailed
guidance on reporting requirements for studies with a favourable opinion, including:

Notifying substantial amendments
Adding new sites and investigators

Progress and safety reports
Notifying the end of the study

Notification of serious breaches of the protocol

The HRA website also provides guidance on these topics, which is updated in the light of

changes in reporting requirements or procedures.

User Feedback

The Health Research Authority is continually striving to provide a high quality service to all
applicants and sponsors. You are invited to give your view of the service you have received
and the application procedure. If you wish to make your views known please use the

feedback form available on the HRA website: http://www.hra.nhs.uk/about-the-

hra/governance/quality-assurance/

HRA Training

We are pleased to welcome researchers and R&D staff at our training days — see details at

http://www.hra.nhs.uk/hra-training/

[15/YH/0377

Please quote this number on all correspondence |

A Research Ethics Committee established by the Health Research Authority
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With the Committee’s best wishes for the success of this project.

Yours sincerely
Vé!
é-j// /l/gﬂ Mﬁ%f
v

v

pp I

Chair

Email:
Enclosures: ‘After ethical review — guidance for researchers’

Copy to: Ms Debbie Knight — R&D Dept, Lancaster University
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______________ ______|NHs

NHS Foundation Trust

Miss Rachael Theed
Furness College
Lancaster University
Lancaster

LAL1 4YT

Date: 02 October 2015

Our Ref.

Dear Miss Theed,

Study: Understandings of psychological difficulties in Huntington’s disease and expectations of
psychological therapy

PIN:

REC reference: 15/YH/0377

Sponsor: Lancaster University

Chief Investigator: Miss Rachael Theed

Local Liaison

We have received a request for authorisation for our Trust to become involved as a Participant
Identification Centre (PIC) for the above study.

Following receipt of the documentation listed at the foot of this letter, we have completed the
checks required for a PIC site and can confirm our agreement.

| would like to take this opportunity to wish you well with your research.

Yours sincerely

S

Research Support Manager

CC:

Academic Supervisors — Dr Jane Simpsoné& Dr Fiona Eccles

Documents Acknowledged Version Number / Reference | Date

REC Favourable Opinion Letter 18 September 2015

Appendix 5: Cover Letter 2 13 September 2015
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Professional Indemnity

Appendix 1: Interview Schedule PwHD 2 13 September 2015
Appendix 2: Interview Schedule Partners 2 13 September 2015
Sponsor Letter 21 July 2015
Supervisor CV — F. Eccles

Review Letter 03 August 2015
Appendix 8: Debrief Sheet 2 13 September 2015
Insurance: Employers Liability

Insurance: Public Liability

Response Letter

Appendix 4: Consent to Contact Form 2 13 September 2015
Appendix 6: Consent Form (PwHD) 2 13 September 2015
Appendix 7: Consent Form (partners) 2 13 September 2015
Appendix 3: Participant Information Sheet | 2 13 September 2015
Research Protocol 2 13 September 2015

CV for Cl —= R. Theed

Supervisor CV — J. Simpson
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Appendix 4-1: Research Protocol

Doctoratein | Lancaster E=3
Clinical Psychology | University #

Thesis: Research Protocol

Understandings of psychological difficulties in Huntington’s disease and expectations of
psychological therapy

Rachael Theed
Trainee Clinical Psychologist

Lancaster University

Supervised by Dr Jane Simpson, Research Director, Lancaster University and

Dr Fiona Eccles, Lecturer in Research Methods, Lancaster University



ETHICS
4-36

Introduction

Huntington’s disease (HD) is a neurodegenerative condition causing problems with
cognitive functioning, coordination, movement and some emotional difficulties. It is
suggested that around five to ten per 100,000 people are affected (Kay, Fisher & Hayden,
2014). People are generally diagnosed between the ages of 35-55 with a life expectancy of
around 15-20 years (Keenan, Simpson, Miedzybrodzka, Alexander & Semper, 2013) and

have often seen their parents affected by the disease (Kremer, 2002).

People with HD often experience emotional difficulties including depression, anxiety,
apathy and irritability (Kirkwood, Su, Conneally & Foroud, 2001) which have the potential to
impact on an individual’s quality of life. For example, rates of depression have been shown
to be high in individuals with HD with the causes for this being potentially twofold (Paulsen
et al., 2005). Certainly one potential cause is having to adjust to living with the illness as
well as coping with the subsequent difficulties that arise as a result of HD. Additionally,
there is a potential biological component whereby neural mechanisms in the brain are

affected by HD subsequently affecting mood (Paulsen et al., 2005).

Importantly, there are significant physical and emotional consequences of HD not
only for the individual with the disease but also for the people with whom they live (e.g.,
Aubeeluck, Buchanan & Stupple, 2012; Williams et al., 2009). Family members often take
on caregiving for the individual with HD and subsequently may experience a reduced quality
of life, including lowered mood (Aubeeluck & Buchanan, 2007; McCabe, Firth & O’Connor,
2009; Read et al., 2010), potentially as a result of witnessing a loved one become increasingly
unwell over time and grieving for a lost relationship (Pickett, Altmaier & Paulsen, 2007).
Indeed, depression in people with HD has been identified as being a strong predictor of

depression in those caring for someone with HD (Pickett et al., 2007).
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Although for people living with HD medication is often the main approach in
supporting people with mood difficulties, psychological interventions may provide an
alternative way to reduce distress. Medication may not always be the preferred option for
people with HD and there could be alternative options. For example, in another
neurodegenerative disease, Parkinson’s disease (PD), while medication may be used to
support people with the psychological difficulties they experience, there is increasing
evidence to support the use of psychological interventions in this population (Charidimou,
Seamons, Selai & Schrag, 2011; Dobkins et al., 2011), including mindfulness-based cognitive
therapy (MBCT,; Fitzpatrick, Simpson & Smith, 2010). Due to the level of distress both
people with HD and their partners experience, it is important to understand what people think

about the support available and treatment they receive.

MBCT is an eight week group therapy developed by Segal, Williams and Teasdale
(2002) which teaches mindfulness skills through a range of practices with the aim of
preventing the reoccurrence of depression (Gu, Strauss, Bond & Cavanagh, 2015).
Previously MBCT has been piloted with people with Parkinson’s disease who found it
improved their psychological well-being (Fitzpatrick, Simpson & Smith, 2010). MBCT is
therefore going to be piloted for individuals with HD with the aim of alleviating
psychological distress directly in people with HD and indirectly in their partners. Although
the partners will not be directly participating in the MBCT groups, higher levels of
mindfulness have been shown to be associated with higher levels of satisfaction in partner
relationships (Barnes, Brown, Krusemark, Campbell & Rogge, 2007). Furthermore, people
engaged in MBCT have reported increased empathy and perspective taking, allowing them to

respond more mindfully in relationships (Bihari & Mullan, 2014).

Consequently, this study aims to investigate both individuals with HD and their

partners’ understanding of psychological difficulties in HD and their views of psychological
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therapy. Participants will be recruited from those who are due to take part in the trial of
MBCT and therefore the study will focus in particular on mindfulness and people’s
knowledge of this, as well as their hopes and expectations for MBCT. This study will adopt a
qualitative methodology to obtain detailed accounts of people with HD and their partners
understanding of psychological difficulties and expectations of psychological therapy. In
order to address this, semi-structured interviews will be conducted and analysed by

interpretative phenomenological analysis (IPA; Smith, 2009).

Method

Participants

This study will aim to recruit between 3-6 participants with HD and 3-6 partners of a
person with HD. However, if one group (either people with HD or their partners) is unable to
be recruited then up to 12 participants from the other group may be recruited. Participants
will be recruited from the MBCT trial. The person with HD will be signed up to engage in a
MBCT programme but does not have to have a partner to take part in the study. Furthermore,

if an insufficient number of participants are recruited then an additional site _

I < be ncluced i the stucy.

To participate in the present study participants must meet the following criteria:

People with HD will be signed up to participate in the MBCT trial.

Partners of those signed up to participate in the MBCT trial.

Participants must be aged 18 or over.

Participants must understand and be able to speak English.

People with HD and their partners who are not signed up to engage in the MBCT

programme will not be eligible for inclusion.
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Design

This study will adopt a qualitative design. Semi-structured interviews with people
with HD and their partners will be conducted prior to them engaging in the MBCT
programme. Interviews will be analysed by IPA (Smith, 2009), however if there is an
insufficient number of participants (either in people with HD or their partners) then thematic

analysis will be used to analyse the data.

Materials

The interviews will be guided by a semi-structured interview schedule (appendix 1 &

2) which will be informed by previous qualitative studies which have looked at the
effectiveness of mindfulness-based interventions (Cairns & Murray, 2015) as well as a study
conducted with a neurological population (Fitzpatrick et al., 2010). However, further

questions may be asked which are sensitive to, and influenced by, participants’ responses.

Procedure

People with HD will be recruited from the MBCT trial. Potential participants will be
informed about the research when they have opted into the MBCT trial. Those suitable for
inclusion in the study will be provided with an information pack including a participant
information sheet (appendix 3) and consent to contact form (appendix 4) either via post,
email or in person by the recruiters for the main MBCT trial (Dr Fiona Eccles & Dr Jane
Simpson), with a cover letter (appendix 5). As partners will be recruited through the person
with HD engaging in the MBCT programme, if they are interested, an information pack for
the partner will be sent to the person with HD via email or post. They will then be asked to
pass this on to their partner. The information pack will contain an information sheet and

consent to contact form. They will then be asked to contact the researcher (via the consent to
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contact form, email or telephone) for an initial discussion regarding the research to consider

whether they would like to take part.

Due to the study only requiring a small number of participants there is the potential
for people to opt into the study once the target has been reached. In this instance, potential
participants will be contacted by the researcher informing them that the target sample has

been met.

If people with HD and their partners decide to take part in the research then a
mutually convenient interview time will be arranged. Participants will be interviewed
individually either at home or at a community location convenient for the participant.
People’s partners do not have to take part in order for the person with HD to take part and
vice versa. However, if the person with HD decides not to participate then partner will still
be recruited in the same way via the person with HD. Before commencing the interview the
researcher will check each participant has read the participant information sheet and go
through the consent form (appendix 6 & 7), answering any questions participants may have.
Participants will be interviewed prior to the person with HD engaging in the MBCT
programme. Interviews are anticipated to last approximately 60 minutes per person. At the
end of the interview participants will be debriefed using the debrief sheet containing sources

of support should they require this.

Telephone interviews may also be conducted if participants are not able to meet. If
this is the case, a consent form will be posted to the participant and returned prior to the
interview. Participants will be debriefed over the phone as well as having the debrief sheet

(appendix 8) posted or emailed to them following the interview.

Proposed Analysis
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Following each interview, the data will be transcribed by the researcher. IPA will be
used to analyse the data, following the stages outlined by Smith (2009). IPA is widely used
in psychological research and aims to explore how homogenous groups of people understand
and make sense of their personal and social world (Smith, Flowers & Larkin, 2009).
Interviews will be transcribed and analysed individually, in turn. Initial notations relating to
the data will be made in the margin which will be used to identify potential themes across
transcripts. Data will then be organised into superordinate themes including sub-themes

where appropriate.

Practical Issues

The Lancaster University Doctorate in Clinical Psychology’s data security and storage
policies will be followed. Interviews will be audio recorded then transferred to a computer as
soon as possible and stored on the University server via the VPN and password protected. At
this point they will be deleted from the device. These recordings will be destroyed once the
data has been transcribed, checked and analysed. During the study, transcriptions will also be
password protected and stored on the University server. Following submission of the
research paper, the data (consent forms and coded data) will be scanned and stored securely
for 10 years by the Doctorate in Clinical Psychology’s admin team, while the original paper
copies will be destroyed. At the end of this period the data will be destroyed. Consent to
contact forms will be kept until participants have received a copy of the results should they

have requested these.

As the interviews will be conducted on a one to one basis, when lone working the

researcher will follow the |GGG o working policy. See

http://www.lancaster.ac.uk/shm/study/doctoral study/dclinpsy/new/onlinehandbook/appendic

es/Icft_lone_working_policy.pdf . A designated person (a fellow trainee) will be given the



http://www.lancaster.ac.uk/shm/study/doctoral_study/dclinpsy/new/onlinehandbook/appendices/lcft_lone_working_policy.pdf
http://www.lancaster.ac.uk/shm/study/doctoral_study/dclinpsy/new/onlinehandbook/appendices/lcft_lone_working_policy.pdf
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researcher’s contact details and information about the appointment time and duration. They
will further be provided with contact details of the interview location and interviewee (in a
sealed envelope, only to be opened in an emergency). When the interview is finished the
researcher will contact the designated person to inform them that the interview is complete.
If they do not receive this contact then attempts will be made to contact the researcher. If
they are unable to make contact then they can open the sealed envelope and the appropriate

authorities will be informed.

Ethical Concerns

Ethical approval will be obtained through the National Research Ethics Service

(NRES) and research governance approval from _

I sc:rch and development department who will act as the participant

identification centre (PIC). All participant information will remain confidential. The
researcher will not have access to potential participants’ personal information until the
participants themselves express an interest in participating in the study and provide their own
contact details. The researcher and their supervisors will be the only people to have access to
the audio recordings and transcripts. This will be outlined on the participants information

sheet and consent form.

However, there may be the potential for participants to disclose information that
highlights a potential risk of harm, either to themselves or others. If issues related to risk are
disclosed then confidentiality may need to be broken and the information disclosed with the
appropriate individuals. Again, participants will be informed of this exception to

confidentiality prior to commencing the interview.

While it is not expected that the research will cause participants any distress, if this

occurs during interviews the participant will be given a break and asked if they would like to
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continue. They will also be full debriefed at the end of the interview and provided with a list

of contacts for support.

Timescale

June - July 2015: Submit to ethics process.

August — December 2015: Recruitment, data collection and analysis
October 2015: Draft read of Introduction and Method sections.
January — April 2016: Write up and submit drafts.

May 2016: Submit research paper.
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Appendix 4-2: Interview Schedule

[.ancaster Eﬁ
University

Understandings of psychological difficulties in Huntington’s disease and expectations of
psychological therapy

Semi-structured interview schedule: People with Huntington’s disease

This interview schedule gives an indication of the topic areas to be discussed in the interview
with example questions. The precise questions will be dependent on participants’ responses
and the focus of each interview will be guided in part by what is deemed important to the
individual being interviewed.

This interview will be conducted prior to the start of the MBCT programme. The interviewer
will explore the psychological therapy experiences of the participant prior to the start of the
MBCT course. It will include their emotional and psychological wellbeing prior to either
themselves of their partner engaging in the course as well as their expectations of the course.

Example questions:

Introduction

For how long have you known that you have had the HD gene?

Do you think you show any signs of the condition at the moment?

Do you think having HD affects how you feel? Does this also affect your partner?

If you have thought about how you feel, what is your understanding of psychological distress
and where this comes from?

Therapy expectations and experiences

If you have ever thought about psychological therapy, do you think it could be helpful for
people living with HD and their partners? What makes you think that?

Have you had any previous experience of psychological therapy?

If you have had experience, what did you find beneficial about any previous therapy you have
received?

Have you experienced anything similar to MBCT in the past? (i.e. mindfulness)

When you were first approached about engaging in the MBCT trial what were your first
thoughts about the course?

What led to your decision to take part in the research? How were you feeling in yourself
when you decided to take part? How was your partner feeling?

Do you or your partner have any expectations as to what the course will be like or the impact
it may have on you or your partner?
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Do you expect the course to help you and/or your partner? In what way do you think it might
help?

Do you have any worries about the MBCT course?

Do you think there will be an impact on your psychological and emotional wellbeing? If so,
what?

Do you think there will be a wider impact on you and/or your partner? (e.g. your relationship
and/or wider family relationships).

Conclusion

Is there anything else you think it would be useful for us to know?

Thanks and debrief.
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Appendix 4-3: Interview Schedule

[.ancaster Eﬁ
University

Understandings of psychological difficulties in Huntington’s disease and expectations of
psychological therapy

Semi-structured interview schedule: Partners of a person with Huntington’s disease

This interview schedule gives an indication of the topic areas to be discussed in the interview
with example questions. The precise questions will be dependent on participants’ responses
and the focus of each interview will be guided in part by what is deemed important to the
individual being interviewed.

This interview will be conducted prior to the start of the MBCT programme. The interviewer
will explore the psychological therapy experiences of the participant prior to the start of the
MBCT course. It will include their emotional and psychological wellbeing prior to either
themselves of their partner engaging in the course as well as their expectations of the course.

Example questions:

Introduction

For how long have you known that your partner has had the HD gene?
Do you think he/she shows any signs of the condition at the moment?

Do you think your partner having HD affects how you feel? Does this also affect your
partner?

If you have thought about how you feel, what is your understanding of psychological distress
and where this comes from?

Therapy expectations and experiences

If you have ever thought about psychological therapy, do you think it could be helpful for
people living with HD and their partners? What makes you think that?

Have you had any previous experiences of psychological therapy?
If you have, what did you find beneficial about any previous therapy you have received?
Have you experienced anything similar to MBCT in the past? (i.e. mindfulness)

Has your partner ever had any psychological therapy in the past? If so, did they find it
helpful?

When your partner was approached about engaging in the MBCT trial what were your first
thoughts about the course? What did your partner think?

What do you think led to their decision to take part in the research? How was your partner
feeling when they decided to take part?

Do you or your partner have any expectations as to what the course will be like or the impact
it may have on you or your partner?
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Do you expect the course to help your partner? In what way do you think it might help?
Do you have any worries about the MBCT course?

Do you think there will be an impact on both your partners and your psychological and
emotional wellbeing? If so, what?

Do you think there will be a wider impact on you and/or your partner? (e.g. your relationship
and/or wider family relationships).

Conclusion

Is there anything else you think it would be useful for us to know?

Thanks and debrief.
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Appendix 4-4: Participant Information Sheet

[.ancaster Eﬁ
University

Participant Information Sheet

Understandings of psychological difficulties in Huntington’s disease and expectations of
psychological therapy

We would like to invite you to take part in a research study, which is being conducted as part
of a Doctorate in Clinical Psychology. Before you decide if you would like to take part or
not, we would like you to understand why the research is being done and what it would
involve for you. We will also go through the information sheet with you and answer any
questions you have before you decide whether you want to take part.

What is the study about?

People with the gene for Huntington’s disease often experience psychological difficulties
such as low mood (depression), anxiety and irritability. Usually they are given medication to
help with these problems however medication may only help to a certain extent or
alternatively some people do not want to take it. Mindfulness-based cognitive therapy
(MBCT) is a type of psychological therapy which has been shown to help people with
depression and other psychological difficulties and is shortly going to be trialled with people
with the gene for Huntington’s disease to see if it can help them. The aim of this study is to
understand your experiences of any previous psychological therapy and your hopes and
expectations of the MBCT trial that either yourself or your partner will be taking part in.

Why have | been approached?

Either you or your partner has agreed to be part of the MBCT pilot trial. We would like to
understand what people’s previous experience and understanding of psychological therapy is
prior to engaging in the MBCT trial. We would also like to gain insight in what people (both
the individual and their partner) hope to gain from psychological therapy, in particular
MBCT.

While partners of people with HD will not be taking part in the MBCT trial, we are interested
in their hopes and expectations of the course and how they think it will impact on both their
and their partner’s life.

Do I have to take part?

No. It’s completely up to you to decide whether or not you take part. If you decide not to
take part it will not affect your clinical care or that of your partner. If you agree to take part,
you can stop and withdraw at any time without giving a reason.

What will I be asked to do if | take part?

Opting in

If you are interested in taking part then first you need to contact myself (more detail at the
end of this information sheet) and I will tell you more about the research. If you are still
interested in taking part, I will come and meet with you (either at home or another location
near you) so you can sign a consent form.
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Collecting information

If you decide to participate we will collect some data from you prior to the course
commencing. We would like to do this by conducting interviews. We would like to
interview you so you can tell us about any previous experiences of therapy, what impact you
think therapy will have both on yourself and your partner and how you think it will impact on
your emotional and psychological wellbeing. The interview would last approximately an
hour. You can stop the interview at any time and it can be done in two parts if you feel tired.
The interview will be audio-recorded and then transcribed (turned into a written transcript).
Interviews can be done either at your home or another location convenient for you. If you are
not able to meet then they can also be done on the phone.

Will my data be confidential?

The information you provide will be kept confidential. The data collected for this study will
be stored securely and only the researchers conducting this study will have access to this
data:

0 The typed version of your interview will be made anonymous by removing any
identifying information including your name. Anonymised direct quotations from
your interview may be used in the reports or publications from the study, so your
name will not be attached to them.

o Audio recordings will be destroyed and/or deleted after they have been transcribed
and checked

o0 The files on the computer will be encrypted (that is no-one other than the researchers
will be able to access them) and the computer itself password protected.

0 At the end of the study, written transcripts and consent forms will also be kept
securely on the computer for ten years.

There are some limits to confidentiality. If at any point during the interview you say
something that makes us think that either you or someone else is at significant risk of harm,
we will have to break confidentiality and speak to the person with Huntington’s disease’s
treating clinician (Dr ........ ) or a member of the research team. If possible, we will tell you
if we have to do this.

What will happen if I decide to leave part way through?

You can choose to stop participating in the study at any time. If you leave the study up to 3
weeks following the interview then your data (audio recordings and transcripts) will be
destroyed and not used in the research. If you leave the study after this time, then the data
may remain in the study. However, if you ask us to withdraw your data at any point, every
effort will be made to do so up to the point of submission of thesis, but it may not be possible
if your data have already been analysed.

What will happen to the results?

The results will be summarised and reported at local groups and will be submitted for
publication in academic and/or professional journals. If you would like a copy of the results,
please ask the researchers.

Are there any risks?
It is not anticipated that participating in this research will cause distress. However, talking
about your thoughts and feelings in an interview can sometimes be upsetting. If during the
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research interview you experience any distress, you are advised to inform the researcher
and/or contact the resources at the end of this sheet.

Are there any benefits to taking part?

There are no known benefits of taking part in this research. However, we hope that it will
help us better understand the psychological therapy experiences of people living with HD and
their partners. We also hope it will provide some insight into the psychological therapy needs
of people with HD and their partners and how this could impact on their emotional and
psychological wellbeing.

Who has reviewed the project?
This study has been approved by the NHS Research Ethics Service and Central Manchester
University Hospitals NHS Foundation Trust Research and Development department.

Where can | obtain further information? How do | opt in?

If you might be interested in participating in the study, please contact a member of the
research team. You can do this by email to Rachael Theed: r.theed@Iancaster.ac.uk or Dr
Fiona Eccles: f.eccles@lancaster.ac.uk , by telephone (07508406193) or please fill in the
contact sheet and send it back in the pre-paid envelope provided.

You will then be provided with more information about the project so you can decide
whether you are interested in taking part.

Complaints
If you wish to make a complaint or raise concerns about any aspect of this study and do not
want to speak to the researchers, you can contact:

Professor Bruce Hollingsworth

Head of Division of Health Research
Lancaster University

Lancaster

LA14YG
b.hollingsworth@lancaster.ac.uk
01524 594154

Resources

It is not anticipated that taking part in this research will cause distress. However, should you
feel distressed as a result of taking part you can contact:

Dr Fiona Eccles: f.eccles@lancaster.ac.uk
You can also contact your GP.

The following organisations may also provide advice or support.

Huntington’s disease association www.hda.org.uk

There is lots of advice and information on their website. If you call the head office on 0151
331 5444, they can put you in touch with your regional care advisory service. More
information about this service is given here: http://hda.org.uk/hda/rca



mailto:r.theed@lancaster.ac.uk
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The Samaritans www.samaritans.org
The Samaritans offer a non-judgemental listening service. Their phone number is 08457 90

90 90 (charges apply) or you can email them on jo@samaritans.org



http://www.samaritans.org/
mailto:jo@samaritans.org
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Appendix 4-5: Consent to Contact Form

Lancaster
University

Consent to Contact Form

Understandings of psychological difficulties in Huntington’s disease and expectations of
psychological therapy

If you are interested in learning more about the study please contact a member of the research
team. You can do this by phoning Rachael Theed directly (07508406193), by email
(r.theed@lancaster.ac.uk) or by filling in this form and returning it in the stamped addressed
envelope provided and we will then contact you.

Name:

Name of person who will be participating in the MBCT course:

Contact details

Telephone number:

Email address:

I would prefer to be contacted by (please circle): phone email don’t mind

Any other details (e.g. times that are preferable for us to phone you)



mailto:r.theed@lancaster.ac.uk
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Appendix 4-6: Cover Letter

Doctoratein | LLancaster EE
Clinical Psychology | University #-%

[To be sent as email or letter, depending on usual method of contact for the participant. Email
will come from Dr Fiona Eccles]

Doctorate in Clinical Psychology
Furness College

Lancaster University

Lancaster

LA14YT

Dear ............

You have recently opted into our study of mindfulness-based cognitive therapy (MBCT) for
people with the HD gene. We are looking forward to seeing you on the MBCT course in the
Autumn.

In the meantime, we have a trainee clinical psychologist, Rachael Theed, who is working
with us and is doing a project related to the main MBCT study. She is interested to find out
how people with HD and their partners understand the psychological difficulties that people
with HD can experience and also what are their hopes for and expectations of the MBCT
course. We wondered if you might also be interested in taking part in her study.

The decision to take part or not in Rachael’s study will in no way impact on your taking part
in the MBCT course. If you do decide to take part, Rachael will arrange to meet you and will
take consent separately for this project. More details are found on the attached/enclosed [to
be deleted as appropriate] participant information sheet.

If you would like further information then please get in touch with Rachael (details on the
participant information sheet). Alternatively you are welcome to contact Fiona for an initial
discussion (f.eccles@lancaster.ac.uk, 01524 592807).

Thank you for taking the time to consider this additional project and we look forward to
seeing you soon on the MBCT course.

Yours sincerely,

Jane Simpson (Research Director DCIlinPsy course, Chief Investigator MBCT study)

Fiona Eccles (Lecturer in Research Methods)
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Appendix 4-7: Consent Form (People living with HD)

Lancaster
University

Consent Form (People living with HD)

Understandings of psychological difficulties in Huntington’s disease and expectations of
psychological therapy

We are asking if you would like to take part in a research study to investigate the views of
people living with HD who will be participating in a trial MBCT programme regarding their
understanding of psychological difficulties, any previous psychological therapy experiences
and hopes for/expectations of the MBCT programme.

Before you consent to participating 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 to the principal researcher,
Rachael Theed. Contact details are provided on the participant information sheet.

Please initial the
box after each
statement

1. 1 confirm that | have read the participant information sheet and
fully understand what is expected of me within this study.

2. | confirm that I have had the opportunity to ask any questions and
to have them answered.

3. lunderstand that my participation is voluntary and that | am free
to withdraw at any time without giving any reason, without my
medical care or legal rights being affected.

4. 1 understand that the data collected during the study may be
looked at by individuals from Lancaster University, from
regulatory authorities or the NHS Trust where it is relevant to my
taking part in the research. | give permission for these individuals
to have access to this data.

5. lunderstand that my interviews will be audio recorded and then
made into an anonymised interview transcript.

6. 1 understand that the information from my interviews will be
pooled with other participants’ responses, anonymised and may be
published.

7. 1 consent to information from the study including quotations from
my interviews being used in reports, conferences and training
events.

8. lunderstand that any information | give will remain strictly
confidential to the researchers unless it is thought that there is a
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risk of harm to myself or others, in which case this information
may need to be shared with appropriate persons.

9. I consent to Lancaster University keeping the data from the study
for up to 10 years after the study has finished.

10. I consent to take part in the above study.

Name of Participant Signature

Name of Researcher Signature

Date

Date
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Appendix 4-8: Consent Form (Partners of a person with HD)

[ancaster

University

Consent Form (Partners of a person with HD)

° 0

Understandings of psychological difficulties in Huntington’s disease and expectations of

psychological therapy

We are asking if you would like to take part in a research study to investigate the views of
partners of people with HD who will be participating in a trial MBCT programme regarding
their understanding of psychological difficulties, any previous psychological therapy
experiences and hopes for/expectations of the MBCT programme.

Before you consent to participating 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 to the principal researcher,
Rachael Theed. Contact details are provided on the participant information sheet.

Please initial the
box after each
statement

1.

I confirm that | have read the participant information sheet and
fully understand what is expected of me within this study.

I confirm that | have had the opportunity to ask any questions and
to have them answered.

| understand that my participation is voluntary and that | am free
to withdraw at any time without giving any reason, without my
medical care or legal rights being affected.

I understand that the data collected during the study may be
looked at by individuals from Lancaster University, from
regulatory authorities or the NHS Trust where it is relevant to my
taking part in the research. | give permission for these individuals
to have access to this data.

I understand that my interviews will be audio recorded and then
made into an anonymised interview transcript.

I understand that the information from my interviews will be
pooled with other participants’ responses, anonymised and may be
published.

I consent to information from the study including quotations from
my interviews being used in reports, conferences and training
events.

I understand that any information | give will remain strictly
confidential to the researchers unless it is thought that there is a
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risk of harm to myself or others, in which case this information
may need to be shared with appropriate persons.

9. I consent to Lancaster University keeping the data from the study
for up to 10 years after the study has finished.

10. I consent to take part in the above study.

Name of Participant Signature

Name of Researcher Signature

Date

Date
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Appendix 4-9: Debrief Sheet

Lancaster
University

Debriefing Sheet

Understandings of psychological difficulties in Huntington’s disease and expectations of
psychological therapy

Should you feel you require any support following the interview process you can contact the
following:

Rachael Theed (07508406193) or r.theed@lancaster.ac.uk

Dr Fiona Eccles: f.eccles@lancaster.ac.uk

Dr Jane Simpson: J.simpson2@lancaster.ac.uk

You can also contact your GP.

The following organisations may also provide advice or support:

Huntington’s disease association www.hda.org.uk

There is lots of advice and information on their website. If you call the head office on 0151
331 5444, they can put you in touch with your regional care advisory service. More
information about this service is given here: http://hda.org.uk/hda/rca

The Samaritans www.samaritans.org

The Samaritans offer a non-judgemental listening service. Their phone number is 08457 90
90 90 (charges apply) or you can email them on jo@samaritans.org

Purpose of the study

This study is concerned with the psychological therapy experiences of both people with
Huntington’s disease (HD) and partners of people with HD. Previous studies have shown
that both people with HD and their partners may experience emotional and psychological
difficulties, for example low mood, anxiety and irritability, when living with HD. However,
the treatment of Huntington’s disease and the difficulties arise as a result of living with HD
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often adopts a medical focus. This study therefore aimed to gain insight into your
experiences of and hopes for psychological therapy.

In this study you were asked questions about your experiences of any previous psychological
therapy you or your partner may have received and your hopes and expectations of
mindfulness-based cognitive therapy (MBCT). All participants were asked similar questions
to help us understand your views.

Why is this important to study?

It is important to understand the psychological therapy experiences of both people with HD
and their partners to identify what people feel is and would be beneficial to their emotional
and psychological wellbeing. It may further provide evidence for the need for those with HD
and their partners who may be struggling to be able to access psychological therapy.

What if | want to know more?

For further information regarding areas the present study is concerned with, please see the
following papers:

Aubeeluck, A., Buchanan, H. & Stupple, E. N. (2012). ‘All the burden on all the carers’:
exploring quality of life with family caregivers of Huntington’s disease patients. Quality of
Life Research, 21, 1425-1435.

Cairns, V., & Murray, C. (2015). How do the features of Mindfulness-Based Cognitive
Therapy contribute to positive therapeutic change? A meta-synthesis of qualitative studies.
Behavioural and Cognitive Psychotherapy, 43 (3), 342-359. doi:
10.1017/5S1352465813000945.

Paulsen, J.S., Nehl, C., Hoth, K.F., Kanz, J.E., Benjamin, M., Conybeare, R., ... & Turner, B.
(2005). Depression and stages of Huntington’s disease. Journal of Neuropsychiatry and
Clinical Neurosciences, 17 (4), 496-502.

Williams, J. K., Skirton, H., Paulsen, J. S., Tripp-Reimer, T., Jarmon, L., Mcgonigal Kenney,
M., Birrer, E., Hennig, B. L. & Honeyford, J. (2009). The emotional experiences of family
carers in Huntington disease. Journal of Advanced Nursing, 65, 789-798.

If you have concerns about your rights as a participant in this experiment or have any further
questions, please contact Rachael Theed at r.theed@Iancaster.ac.uk

Thank you again for your participation.
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