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Abstract

Background: The opportunity for people with intellectual disability to live a long

and healthy life is impacted by the conditions into which they are born, grow up and
live. This research provides insight into health and non-medical factors that influence
health, in a comparative population of people with and without intellectual disability.

Aim: To examine the health, objective and subjective socioeconomic status of adults
with and without intellectual disability in Jersey. It explores the prevalence of health
problems, polypharmacy and drug-drug interactions and the relationships with
objective and subjective socioeconomic status on the health of people with an
intellectual disability.

Methods: An administrative population of 217 adults with, and a random stratified
sample of 2,350 adults without, intellectual disability participated in this study. Proxy
respondents were used where people did not have capacity to consent. The
prevalence, patterns and relationships with health problems, polypharmacy, drug-
drug interactions and socioeconomic status are described. Associations of these
characteristics were analysed using univariate and multivariate analysis.

Findings: People with intellectual disability have poorer health than the general
population which starts earlier in life. They are especially vulnerable to the negative
effects of taking multiple medications. Adults with intellectual disability also occupy
lower socioeconomic status and report lower levels of subjective socioeconomic
status and poorer self-rated health than the general population. Higher subjective
socioeconomic status and younger age were significant predictors of better self-
rated health reported by the proxy intellectual disability group only, while being
employed was associated with better health for all populations.

Conclusion: Significant efforts are needed to reduce the non-medical factors that
influence the health inequalities experienced by adults with intellectual disability.
This study underlines the poorer health and adverse impact that multiple
medications may have. Equally, it highlights the atypical and lower socioeconomic
position that adults with an intellectual disability experience. Further research in
larger prospective comparative studies is needed to understand the relationship
between subjective socioeconomic status and health in adults with intellectual
disability.
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Preamble

Significant numbers of people with intellectual disability will not only die sooner than
those without intellectual disability, but most will experience greater levels of ill
health and deprivation throughout their lives. The findings from this research

suggest that people with an intellectual disability living in Jersey:

e spend much of their adult life with multiple health problems

e have greater health needs at an earlier age than the general population

e report lower socioeconomic status

e are exposed to polypharmacy and psychotropic polypharmacy in the absence
of mental illness

e are exposed to developing adverse drug reactions from drug-drug interactions

o are less well off financially

e have low levels of education

e are more likely to be unemployed

e are more likely to live in residential care settings and not to own their own

home
e are not in intimate relationships

These findings suggest that something is fundamentally wrong with services, how
society is organised and how it responds to the needs of people with intellectual
disability. The evidence in this thesis advances the understanding and contributes to
the scientific evidence of how people with intellectual disability are disproportionately
impacted by many non-medical factors that influence health. The methodological
approach employed where a comparative representative general population sample
is used is unusual and contributes to the overall rigour of the research. This
contribution provides sufficient guidance on how policy and practice could be tailored
to reduce health inequalities that people with an intellectual disability experience in
Jersey and elsewhere. Marmot (2017) reported that:

“Health inequalities’ that are avoidable and are not avoided are unjust.

Putting them right is a matter of social justice” (p.545)

" Throughout this thesis the term inequality has been employed. Health inequalities are understood as
the unjust and avoidable differences in people’s health across the population and between specific
population groups. While some researchers use the term ‘inequalities’ to illustrate differences
between groups and ‘inequities’ to illustrate unjust differences between groups, this thesis uses
‘inequalities’ to describe unjust differences (Public Health Scotland, 2022).

10
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Improving the circumstances in which people with an intellectual disability grow up,

live, work and age, and the systems that are put in place to support their physical
and mental wellbeing is critically important. The urgency of this cannot be
overstated. People with an intellectual disability will continue to endure greater
levels of ill health and die earlier than their peers until the non-medical factors that
contribute to health inequalities are fully understood, clearly identified and

addressed.

11
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Chapter 1: Introduction

1.1. Introduction to thesis

Despite improvements in the health and wellbeing of adults with intellectual
disability over the last decades, they continue to experience significant health
inequalities and die at a younger age than those without intellectual disability. They
are also more likely to be exposed to the social determinants that are associated
with poorer health. That is to say, people with an intellectual disability are born into,
grow up and live in environments that create conditions that contribute to
considerable health inequalities. These conditions are broadly determined by general
socioeconomic factors such as education, occupation and income. In essence, people
with intellectual disability are congregated around the lower end of this
socioeconomic gradient as they are more likely to have limited education, be
unemployed and have reduced income. The consequence of this is poorer health
that begins at a younger age, and a reduced life expectancy — somewhere in the

region of 20 years.

From a personal and professional perspective, I have worked with children and
adults with intellectual disability for nearly twenty years and I have seen first-hand
the inequalities that people with an intellectual disability experience. Having first
worked as a nurse in Ireland, I witnessed the high prevalence of ill health that this
population experiences; this poor health is often amenable to good healthcare. While
health surveillance and preventive healthcare are improving, there continue to be
barriers to accessing and receiving good quality healthcare for this population.
Additionally, from later employment as a non-medical prescriber for adults with a
dual diagnosis* in the Island of Jersey, I witnessed the increased medication burden
that people with an intellectual disability experience. This is most commonly borne
out in the high level of psychotropic medication that is prescribed for people with

intellectual disability, often in the absence of any psychiatric illness. More recently,

* Dual diagnosis in this instance refers to the co-occurrence of an intellectual disability and a mental
illness.

12
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my career has taken me back to Ireland on a path into health and social care
regulation, an area where I now work to enable people with disabilities enjoy an
ordinary life, a life free from restrictions and where their health and wellbeing is at

the centre of service delivery.

Across my career to date there has been one consistent representation of people
with an intellectual disability. That is, I have consistently observed the
socioeconomic deprivation that this population experience, one of the biggest
contributing factors to poorer health. In this vein, I have come to realise and believe
that in order for there to be greater improvements in the lives of people with
intellectual disability there needs to be a resolute effort to improve the
circumstances in which many of these individuals live, work and engage with their
daily lives. This experience and exposure to this issue has been the motivation
behind this PhD research.

1.2. A global pandemic

On the 30" January 2020, the World Health Organisation (WHO) declared the novel
coronavirus (2019-nCoV) outbreak a public health emergency of international
concern. Six weeks later, with over 4,000 deaths and 118,000 cases worldwide, this
public health emergency was characterised as a pandemic, now known as COVID-19
(SARS-CoV-2). Now, nearly two years later, there have been over 5 million deaths
and over a quarter of a billion cases of COVID-19 worldwide. The world we knew
pre-2020 has changed and COVID-19 has particularly stricken the most vulnerable in
society. What was meant to be the ‘great equaliser’ (Mein, 2020) has instead
amplified and revealed the truth about how a person’s position on the societal
gradient influences health outcomes. In simple terms, COVID-19 has further
exposed the inequalities that exist in society (Marmot et al., 2020) and this is
particularity stark for individuals with intellectual disability. For example, other than
age, having an intellectual disability was the strongest independent risk factor for
COVID-19 mortality in a study of over 65 million adults in the USA (Gleason et al.,
2021). This is a situation also borne out in England, where people with intellectual
disability have significantly increased risk for hospital admission and are more than

13
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eight times more likely to die from COVID-19 than the general population
(Williamson et al., 2021). COVID-19 has amplified and exposed the inequalities that

this population experience to an undeniable degree.

The findings of the studies presented in my thesis come from data that was collected
pre-COVID-19. While the findings present a grim picture of the health and
socioeconomic status of people with an intellectual disability, when the findings of
this study are considered through the guise of a pandemic, the effects of lockdowns,
unemployment, isolation, illness and mortality, they are perhaps nhow more
augmented and impactful. Many people with an intellectual disability who
contributed to this study have endured a difficult and challenging time since they
participated, and some will have died. Reflecting on this makes it even more
important to highlight their plight and tell their story through the published research

in this thesis.

1.3. My contribution to the research

Given the significant effort that was needed to plan this study and collect the data, it
is important to set out my role at the outset. I developed and identified the topic of
this thesis in collaboration with Professor Chris Hatton. I wrote the research proposal
and developed all the consenting and capacity processes based on previous
published research. I completed the ethical approval processes and received ethical
approval from Lancaster University Faculty of Health and Medicine and Jersey Health
and Community Services. Regarding data collection, I disseminated the
questionnaires and reminder letters to the general population, and I undertook 120
interviews with the intellectual disability population and their proxy respondents. The
remainder of the interviews were completed by colleagues who were trained in the
research procedures and they are duly noted in the published studies. All people
who collected data were Police vetted and received training in the survey tools and
had frequent research supervision to ensure reliability. I collated the data of just
over 1500 general population respondents and all of the intellectual disability data. I

developed the statistical databases and undertook the analysis and interpreted the

14
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results for each study under the supervision of Professor Chris Hatton. I drafted each
research study in this thesis and all listed authors in each study commented on the
draft manuscript and approved each final manuscript submitted for publication. I
wrote this thesis in its entirety and Professor Chris Hatton, Professor Nancy Preston
and Dr Claire Hardy provided guidance, critique and critical opinion throughout the
process. Appendix 1 outlines the contribution of each author for each research

study included in this thesis.

1.4. Layout of thesis

This PhD concerns the health, well-being and health inequalities experienced by
adults with intellectual disability who live in Jersey in the Channel Islands. This PhD
thesis is presented in ‘Alternative Format’ and comprises six studies, of which five
are published, one is due to be resubmitted for publication (an overview of each of
these studies is presented towards the end of this chapter in section 2.17). Each
study represents a chapter and together they tell a coherent story about the health
and wellbeing, life and socioeconomic status of adults with intellectual disability who
live in Jersey. Introduction and methodology chapters precedes the research studies
and these chapters set out the context of this thesis, detailing the background
literature and the methodology and methods employed in my thesis. A discussion
chapter follows the research studies, explaining the unique contribution of this
research in the context of existing international literature. Finally, this thesis
concludes with a chapter that briefly summarises the research findings and sets out
the implications of these conclusions along with recommendations for policy, practice
and future research. A reflective account is also offered at the end of this thesis to
supplement the journey that I have been on over the last few years while

undertaking this research as a part-time PhD student.

1.5. Aims of thesis

This thesis aims to examine the health and health inequalities that adults with an
intellectual disability experience in the Island of Jersey. More specifically, this thesis

focuses on three aspects of health inequalities:
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1) The health and wellbeing and socioeconomic position of people with and

without intellectual disability who live in Jersey
2) The subjective socioeconomic status and health in adults with intellectual

disability
3) The relationship between objective and health in adults with and without an

intellectual disability in Jersey.
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Chapter 2: Background

2.1. What is intellectual disability?

Throughout this thesis the term ‘intellectual disability’ is used. This is in preference
to terms such as learning disability that are used in the United Kingdom (UK), mental
handicap or mental retardation that have up until recently been used in other parts
of the world. The terminology surrounding intellectual disability has changed over
the last century in response to societal and cultural preferences. The term
intellectual disability reflects the development of preferential terminology among the
scientific community. Despite this, given the changing terminology there are broadly
three definitions of intellectual disability that are used throughout the developed
world (Schalock et al., 2019). Firstly, the International Statistical Classification of
Diseases and Related Health Problems 11th revision (ICD-11) classifies intellectual
disability as disorders of intellectual development categorised into mild (intellectual
functioning and adaptive behavior approximately two to three standard deviations
[SD] below the mean), moderate (approximately three to four SD below the mean),
severe and profound (both approximately four or more SD below the mean)
disorders. These classifications are identified on the normal distribution of
intelligence quotient (IQ) where the IQ of the general population is 100 with a
standard deviation of 15 (Figure 1).

Intellectual disability
range (2 SD [15] below
mean [100])

<

\2.14“/0

2.14%

3 Sanpe 55 70 85 100 115 130 145
Profound Mild General
1Q <20 1Q 55-70 Population IQ

Sovers  Moderste (Mean 100: SD
1Q20-34  1Q 35-54 15)

Figure 1. Severity of intellectual disability based on intellectual
functioning (figure adapted from Adobe stock images)
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Secondly, the American Association on Intellectual and Developmental Disabilities
(AAIDD) [2008] states that, “intellectual disability is characterized by significant
limitations both in intellectual functioning and adaptive behaviour as expressed in
conceptual, social, and practical adaptive skill” (p.1) and thirdly, the DSM-5 by the
American Psychiatric Association [APA] (APA, 2013) outlines that “intellectual
disability (intellectual developmental disorder) is a disorder with onset during the
developmental period that includes both intellectual and adaptive behaviour deficits

in conceptual, social, and practical domains” (p. 33).

Despite the scientific conceptualisation of these definitions, and although twenty
years old now, a seminal report in 2001 (Department of Health [DoH], 2001) defines
intellectual disability in an easily understood fashion that embodies the

aforementioned scientific definitions. This is set out as:

= A significantly reduced ability to understand new or complex information, to
learn new skills (impaired intelligence), with;

= A reduced ability to cope independently (impaired social functioning);

= Which started before adulthood (18 vyears), with a lasting effect on
development (p.14).

It is also important to acknowledge another frequently used term in this area of
research, that being developmental disabilities. Developmental disabilities is a term
used to define a diverse group of conditions characterised by impairments in various
developmental dimensions (for example, cognitive, motor, speech, vision and
hearing disabilities and behavioral disorders) whereas intellectual disability is
specifically focused on intellectual and adaptive functioning. In a sense, an
intellectual disability may be encompassed within the spectrum of development
disability but developmental disability is an umbrella term for a group of conditions
characterised by impairments which includes intellectual disability. The age of onset

also differs to intellectual disability and is considered before the age of 22 years

§ Learning disability is changed to intellectual disability for coherence.

18
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(AAIDD, 2021). Essentially, Larson et al. (2001) offers a helpful differentiation
insofar as they outline that not all people with intellectual disability will have a
developmental disability and not all people with a development disability will have an
intellectual disability. Table 1 explains the differences further. Notwithstanding these
definitions and considered with all three descriptions is that people with an
intellectual disability experience deficits in intellectual and adaptive functioning that
start before the age of 18 years (DoH, 2001).

Table 1. Characteristics of intellectual and developmental disability

Intellectual disability | Developmental disability
e Limitations in adaptive functioning e Group of conditions that lead to an
impairment of
Cognitive
Communication
social and or emotional
behavioural
motor skills
Manifested before 22 years of age

¢ Limitations in intellectual functioning

(IQ of 70 or lower)

and likely to continue indefinitely

Manifests before 18 years of age
and lifelong

Examples of a developmental delay
include: cerebral palsy, social

emotional or behavioural delays,
motor delays, speech delays

2.2. Terminology and intellectual disability

The terminology used to describe individuals with an intellectual disability has a
history characterised by stigmatisation, segregation and negative connotations going
back to early Egyptian, Greek and Roman societies (Roth et al., 2019). The
conceptualisation and interpretation of intellectual disability has led to unfavourable
or derogatory terminology being used over the years. For example, John Langdon
Down’s report in 1886 identified the unfavourable ethnic classification of people with
Down syndrome. In this report, Down identified that a ‘large number of congenital

idiots are typical Mongols™ (Down, 1866, p.2). Other labels used throughout that

** This is not the view of the author of this PhD and this example is used to outline the trajectory of
terminology used to describe and categorise people with an intellectual disability.

19



Health inequalities and people with intellectual disability
Chapter 2

time and into the early to mid-1900s included ‘idiot, moron, feeble-minded and
imbecile’ (Doll, 1936; Gold, 2011). Considering these terms now elicits
uncomfortable thoughts and feelings. However, terminology used at that time was
reflective of the intersection of societies’ understanding of health and mental health,
the treatment of these individuals, legislation and beliefs at that time (Roth et al.,
2019). An extract (Figure 2) from a methods section taken from a PhD thesis in this
arena in 1966 outlines the use but transformation of language at this time (Primrose,
1966, p.7).

Methods

Practically, all the female patients in Lennox Castle Hospital
at 31st December, 1964 have been medically examined by me as
well as about 25% of the male patients - including all the
children.

The old terminology of Feeble-minded, Imbecile and
Idiot has been retained as this is still the one used in the
hospital records, and it makes comparison with other surveys
possible.

A record card, as shown in the Appendix, was printed in
three colours - black for Feeble-minded, green for Imbecile,
and red for Idiot. The appropriate card was then filled in for
each patient (in alphabetical order) from the hospital
records, first of all for the former patients in Lennox
Castle, and then for the in-patients for each hospital. The
cards were then grouped by sexes into three classes of mental
defectives - Feeble-minded - Imbecile and Idiot - and those
for former patients were subdivided according to method of
dismissal. (Tables X, XII and XIV). This gave 40 possible
groups of former patients (but 6 had no patients), and 18 of
in-patients (but 3 had no patients). Schedules of each group
of cards were prepared, and then each schedule was analysed so
that the year of birth, year of admission, duration of stay,
year of discharge etc. could be found and grouped as desired.
Deaths.... i

Figure 2. An extract from Primrose (1966, p.7) detailing the language
previously used to describe people with an intellectual disability

" Courier font is purposely used to visualise the typewriter font used in Primrose’s (1966) thesis.
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While the trajectory of language has changed, we are now at a stage where
“intellectual disability” is broadly accepted as preferred terminology, particularly
within the scientific community. Another strand to this debate concerns how people
with an intellectual disability view their own social identity, especially as society
labels this population as they have differences in what is viewed as ‘normal
intelligence’. In a review of the literature, Beart et al. (2005) consistently found that
many people were unaware of their intellectual disability label. While different
reasons are offered why people with an intellectual disability are unaware of their
social identity (such as the required level of cognitive development to recognise
social categorisations and that many people with an intellectual disability are
protected and information is filtered) (Dorozenko et al., 2015), it cannot be escaped
that the terminology is complex and changeable. For example, from a personal
perspective the terminology within my career has undergone significant changes. 1
started my nurse training as a mental handicap nurse in 2002, which then changed
to learning disability nursing in 2005 and I graduated as an intellectual disability

nurse in 2006.

It is through this lens that I have no doubt that in my lifetime, I will look back on the
current terminology and that too will arouse uncomfortable feelings. Nonetheless, it
is important to highlight that diagnostic labels are intended, or are initially intended
to serve as a communication mechanism that identifies a set of symptoms or needs
associated with a label. However, when they become stigmatising within themselves
they lose their intended meaning and therefore the conceptualisation and
understanding of the needs of people with an intellectual disability should be from a
needs based perspective (Gates & Mafuba, 2014; Mac Domhnaill et al., 2020).

2.3. Prevalence of intellectual disability

Intellectual disability is a neurodevelopmental disorder recognised and reported
across the world. There is difficulty determining the true prevalence of intellectual
disability due to the diverse terminology used, the overreliance on proxy reporting
within administrative data sets and the inability of health systems to accurately
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identify people with intellectual disability more broadly (Emerson & Glover, 2012;
Fujiura et al., 2010; McConkey et al., 2019; McKenzie et al., 2016). Despite this,
Harris (2006) identified that the prevalence of intellectual disability varies from 1 to
3% worldwide. More recently, a Dutch study (Cuypers et al., 2021) linked
administrative population data and estimated a 1.45% intellectual disability
prevalence in the adult population. Similar findings have been reported in a highly
regarded meta-analysis from Maulik et al. (2011). They identified a pooled
prevalence rate of 9.2 per 1000 people suggesting that around 1% of the population
have an intellectual disability. Of concern, they identified that this is two to three
times higher in low and middle income countries. While these two studies are largely
coherent and aligned, Maulik et al. (2011) warns that the diagnostic instruments and
disability measurements used in developed countries can lead to lower estimates,
whereas the simple psychological assessment used in low to middle income
countries can lead to over estimates and therefore such estimates should be

interpreted with a significant degree of caution.

2.4. Aectiology of intellectual disability

There is no single cause of intellectual disability, but it begins within the first
eighteen years of life. The causes are highly heterogeneous and include various risk
factors (Harris, 2006) such as poverty, genetic problems, complications during
pregnancy or at birth, exposure to toxins or disease, malnutrition, behavioural,
educational and the timing of [the] exposure (for example exposure during the
prenatal, perinatal or postnatal periods) (AAIDD, 2021). In recent years the
advancement of biological sciences has increased diagnostic capability. For
example, Kochinke et al. (2016) have provided a curated database of 746 currently
known genetic mutations that are associated with intellectual disability manifestation
and associated clinical features, and many more await detection (Vissers et al.,
2016). This can be seen as an important consideration as it facilitates pre-emptive
health screening if clinical presentations or diseases are associated with specific
syndromes (Prasher & Janicki, 2018). Genetic causes are considered to be present in
a quarter to half of cases, with the incidence increasing in proportion with increased
severity of intellectual disability (Kaufman et al., 2010). Down syndrome is the most
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common genetic cause of intellectual disability that occurs in every 1/700 live births
(Parker et al., 2010) while Fragile X syndrome is the most common inherited known
cause of intellectual disability that occurs in every 1/5000 males (Coffee et al.,
2009). However, despite this being the case, it is important to highlight that in the
majority of instances, the cause of intellectual disability is unknown and international
reports suggest that the cause may not be known in up to 60% of cases (Daily et
al., 2000; Rauch et al., 2006). Although it has been identified that in cases where
the intellectual disability is more severe (Daily et al., 2000; Harris, 2006), there is
more of a chance of identifying the cause, it is important that the identification of a
causative factor per seis not the 'holy grail’. Rather the identification of genetic and
non-genetic aetiologies is important for the diagnosis of conditions that may need
treatment such as inborn errors of metabolism (for example phenylketonuria or
Maple Syrup Urine Disease) (Boat & Wu, 2015). Consequently, the identification of a
person’s support needs should be based on a thorough assessment of their needs

from an adaptive and social functioning and adaptability lens.

2.5. Gender/sex, ethnicity and intellectual disability

The experience of living with an intellectual disability intersects with both gender
and ethnicity. Since the 1930s it has been reported that intellectual disability is more
common in males than females (Slater, 1938). In this seminal study, the first of its
kind, it was determined that the ratio of males to females with intellectual disability
was 1.25:1. One possible explanation for the increased prevalence in males is the
common association of intellectual disability and syndromes that are linked to the X
chromosome; for example Fragile X syndrome (Raymond, 2006). In broad terms it is
now accepted intellectual disability is around 30% more common in males (Baird &
Sadovnick, 1985; Cuypers et al., 2021; Raymond, 2006). In the intellectual disability
arena it is accepted that women with intellectual disability are considered more
vulnerable to greater inequalities than their male intellectual disability peers. For
example, a recent review has identified that women with intellectual disability die
earlier than men with intellectual disability (O'Leary et al., 2018) and they are
exposed to a greater range of gender associated health inequalities than their male
counterparts. One example of this inequality is that women with intellectual disability
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are less likely to access screening for breast and cervical cancers (Plourde et al.,
2018; Reidy et al., 2014). Nevertheless, the evidence base in this area is lacking and
it is critically important for future research to consider how gender impacts the lives

of people with intellectual disabilities (Robertson et al., 2021).

The prevalence of intellectual disability and association with ethnicity is not fully
known. McGrother et al. (2002) identified that South Asian and white populations
have similar prevalence rates of intellectual disability in a UK study, while a 2010
peadiatric study (Emerson, 2010) identified that minority ethnic status was, in
general, associated with lower rates of identification of intellectual and
developmental disabilities. However, Emerson (2010) did identify higher rates of
identification of less severe forms of intellectual disability among Gypsy/Romany and
Traveller children of Irish heritage. A more recent systematic review in the USA
(Anderson et al., 2019) was inconclusive and found that in three out of eight studies
that considered ethnicity and prevalence rates of intellectual disability, lower
prevalence rates of intellectual disability were reported for White children than for
Black children. Five studies identified no difference. It is therefore reasonable to
broadly conclude that people from different ethnic backgrounds have similar
prevalence rates of intellectual disability. However, the changing distribution of
ethnicity needs to be considered from a changing population perspective; it is now
estimated that for UK population projections for 2012 to 2030, a quarter of new
entrants to adult social care for people with intellectual disabilities will belong to

minority ethnic communities (Emerson et al., 2012b).

2.6. Health of people with intellectual disability

There is consistent evidence highlighting that people with intellectual disability are,
in general, more likely to have poorer health than people without intellectual
disability (Cooper et al., 2015; Emerson & Hatton, 2014; Emerson et al., 2016;
Emerson et al., 2012b; Hughes-McCormack et al., 2018; Kinnear et al., 2018; Liao et
al., 2021; Turner & Moss, 1996). They are less likely to have their health needs met
(Baxter et al., 2006), and they face significant health disadvantages compared to the
general population (Trollor et al., 2016). Disadvantages such as socioeconomic

24



Health inequalities and people with intellectual disability
Chapter 2

status (Emerson & Hatton, 2014), barriers in accessing health care (Michael &
Richardson, 2008), the absence of preventive health screening (Ouellette-Kuntz et
al., 2015), having unrecognised and therefore unmet health needs (Lennox et al.,
2011), being excluded from health promotion activities (Taggart & Cousins, 2014),
being exposed to negative staff attitudes and behaviours (Ali et al., 2013), being
excluded from consultations (Ward et al., 2010) and experiencing language and
communication issues (Whittle et al., 2018) mean that people with intellectual
disability experience high levels of unnoticed and unmanaged health needs (Weise et
al., 2017) despite having a complex health profile. Alongside this, another factor that
has been reported is the concept of diagnostic overshadowing (Jopp & Keys, 2001).
Diagnostic overshadowing is where a person’s health needs or clinical presentation
coming from their physical or mental health problems are mistakenly attributed to
the individual's intellectual disability — the consequence of this can cause delayed
diagnosis and treatment (Ali et al., 2013). These differences in health are avoidable,
unfair and systematic and thereby constitute health inequalities (Emerson & Hatton,
2014; Marmot, 2005a), which are ultimately expressed with increased morbidity, a

reduced healthy life expectancy and increased mortality (Emerson & Hatton, 2014).

In addition to these inequalities, over the last few decades, a number of studies
have documented the occurrence of certain diseases in this population. For example,
two of the most common disorders found in this population, mental illness (Cooper
et al., 2007) and epilepsy (Robertson et al., 2015), have significantly higher rates in
people with intellectual disability than without intellectual disability (Emerson et al.,
2011). Mental illness is reported to range from around 23% to 40% in adults with
intellectual disability (Cooper et al., 2007; Hughes-McCormack et al., 2017) while
epilepsy is reported range from 9% to 51.8% (Beavis et al., 2007; Bowley & Kerr,
2000; Liao et al., 2021; McCarron et al., 2014; Robertson et al., 2015).

In a comprehensive review paper, Emerson et al. (2011) examined the prevalence of
ill health in this population from a broad perspective. They identified that people
with an intellectual disability are more likely to carry a higher risk of certain types of

gastrointestinal cancer, possibly because of conditions typical in adults with
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intellectual disability, such as gallstones or oesophageal reflux (Hogg & Tuffrey-
Wijne, 2008). Equally, people with Down syndrome have a high incidence of
congenital heart deficits (Brookes & Alberman, 1996) and heart disease is now one
of the leading causes of death in this population more broadly (Landes et al.,
2021a), a phenomenon that is thought to increase given the longer lives that people
with intellectual disability are now living. Moreover, respiratory disease is reported as
being highly prevalent in this population at childhood (Proesmans, 2016) and
throughout life (Glover & Ayub, 2010), often associated with or caused by dysphagia
(difficulties in eating, drinking or swallowing) (Robertson et al., 2018). Emerson and
colleagues (2011) also cited challenging behaviour, dementia, physical impairments,
oral health, sensory impairments, diabetes, constipation, endocrine disorders,
osteoporosis and injuries, accidents and falls as being highly prevalent in this
population. Similar results have been reported in a more up-to-date systematic
review (Liao et al., 2021) suggesting that they have been relatively stable over the

last decade.

The incidence of morbidity is perhaps best illustrated in the recent Learning
Disability Mortality Review Programme (LeDeR) annual report which summarised the
deaths of children and adults with intellectual disability in England notified to LeDeR
(LeDeR, 2021). Their findings suggested that of those who died, on average almost
half (46%) of adults had 7 to 10 chronic health conditions when they died thereby
illustrating the significant health needs this population experiences. It must be noted
however that while the LeDeR programme offers detailed insights into the deaths of
people with intellectual disabilities in England, the programme is not compulsory. As
a result, the analysis does not have complete coverage of all deaths of people with
intellectual disabilities in England and the results should be considered through this

pretext.

On another level, one of the main consequences of having and living with illness is
the need to take medications. As highlighted above, two of the most prevalent
conditions in this population are mental health disorders and epilepsy. These

disorders are associated with prescribing profiles in the form of mono and poly
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prescribing patterns. This is well corroborated as psychotropic and anticonvulsant
medications are the most commonly prescribed classes of medication in this
population (Bowring, Totsika, Hastings, Toogood, & McMahon, 2017a; Doan et al.,
2013; Holden & Gitlesen, 2004; O'Dwyer et al., 2016). Despite there being
significant concern over their extensive use, and overuse, the practice of prescribing
psychotropic™ drugs in this population since the 1970s (Branford et al., 2019)
(typically first generation antipsychotic drugs in the earlier years), has continued.
While the prescription of such drugs may be appropriate in certain circumstances,
the burden and overuse of psychotropic medication has been well highlighted across
many studies (Bowring et al., 2017a; de Kuijper et al., 2010; Tsiouris et al., 2013)
and the negative side effects of such treatment, which are difficult to correct,
identified (Matson & Mahan, 2010; Sheehan et al., 2017).

The use of such medication is often used in a fashion referred to as ‘off label’,
meaning that they are prescribed for an indication other than that identified on their
licence. A typical example of this comes from a large UK study by Sheehan et al.
(2015) who identified that more people were treated with psychotropic drugs than
the proportion with recorded mental iliness. This suggests that such medications are
prescribed for other indications such as challenging behaviour in an ‘off label’
manner. Similar studies have replicated this finding (Bowring et al., 2017a; Doan et
al., 2013) and in general terms the use of such medication in this way, particularly
antipsychotic drugs, is thought to suppress behaviour in general given the
pharmacokinetic and pharmacodynamic properties of these drugs as opposed to any
psychiatric psychopathology (Matson & Neal, 2009; Tyrer et al., 2014). The National
Institute for Health and Care Excellence (NICE) guideline (NG11) (2015) for the
prevention of and interventions for people with learning disabilities whose behaviour
challenges, identifies that antipsychotic medication should only be used when:

1. psychological or other interventions alone do not produce change within an

agreed time or,

# A psychotropic drug is a drug that affects behaviour, mood, thoughts, or perception.
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2. treatment for any coexisting mental or physical health problem has not led to
a reduction in the behaviour or
3. the risk to the person or others is very severe (for example, because of
violence, aggression or self-injury).
(NICE, 2015, p.36)

Nonetheless, the evidence in this area suggests that this is not always the case
(Bowring et al., 2017a; Sheehan et al., 2015). An example of this was exposed in
the Winterbourne View scandal, which publicised and brought national and
international attention to the abuse of residents at a specialist inpatient facility in
Bristol, England (DoH, 2012). The enquiry that followed raised significant concerns
about the use of psychotropic drugs and in particular antipsychotic drugs and
antidepressants in this population. Since 2015, the National Health Service (NHS)
has been supporting movements to decrease the prescribing of psychotropic drugs
for people with intellectual disabilities through the STOMP/STAMP programme
(Branford et al., 2019; NHS, 2017). Overall, while it could be argued that the health
of people with an intellectual disability is improving insofar as life expectancy has
increased over the last few decades (Coppus, 2013), people with intellectual
disability still have significant and often greater health needs than the general
population. There is currently an imbalance in the health of people with intellectual
disability compared to those without intellectual disability; this imbalance is often the
result of the health inequalities faced by this population, and this is also borne out in

mortality studies identified below.

2.7. Mortality and intellectual disability

It is well documented that people with intellectual disability have higher all-cause
mortality rates and that they die earlier in comparison to the general population
(Dieckmann et al., 2015; Glover et al., 2017; Landes et al., 2021a; Lauer and
McCallion, 2015). A recent systematic review by O'Leary et al. (2018) identified that
death was earlier for people with intellectual disability by approximately 20 years,
with this gap widening to 28 years for people with Down syndrome and people with

more severe intellectual disability (O'Leary et al., 2018). While this is a very
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concerning figure, it is important to acknowledge that due to the heterogeneity of
intellectual disability, the use of age as a differentiation or estimate to identify the
‘age-of-death’ disparity can conceal discrete differences that may exist in this
population (Heslop et al., 2015; Dieckmann et al., 2015). For example, Landes et al.
(2019) recently highlighted that research in this area has not fully accounted for
possible differences in age at death between disability types and therefore call for
the heterogeneity among disability types to be considered in order to ensure reliable
estimates. This is particularly true for individuals who may have a severe or
profound intellectual disability as they have a high incidence of mortality. This was
recognised in two longitudinal studies (Hogg et al., 2007; Janicki et al., 1999) who
reinforced this point further.

Their results suggest that the longevity of adults with intellectual disability, whose
aetiology is not attributable to organic causes, is progressively increasing, and
identify that while people with an intellectual disability do die younger than their
peers, many adults with intellectual disability do also live as long as their age peers
in the general population (Dieckmann et al., 2015). This is an important
consideration that needs to be kept in mind when considering the published
evidence, especially as many community dwelling adults with intellectual disability
may not be identified as such by health or social care services and therefore are
unaccounted for in the published research. Studies outlined in Table 2 reinforce this
concept. For example, while there is a trend in increased life expectancy over the
last century, some studies (Doyle et al., 2021) report nearly a ten year difference in
the mean age of death in comparison to other studies (Heslop et al., 2013; Heslop et
al., 2014; Landes et al., 2021b; Lauer and McCallion, 2015). The primary difference
is that the Doyle et al. study uses data from a database that records persons known
to specialist intellectual disability services; therefore, it excludes persons who are not
known to services or who do not want to receive services. This is likely to include
people with greater health and social care needs and this may impact on the
findings.
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Age at death for people with
intellectual disability (years)

Study Country | Year(s) of | Number of Study setting Male Females
study deaths
Carter and Jancar (1983) England 1931-1935 124 Stoke Park hospital group 14.9 (mean) 22.0 (mean)
Carter and Jancar (1983) England 1951-1955 144 Stoke Park hospital group 29.2 (mean) 36.3 (mean)
Primrose (1966) Scotland | 1939-1964 764 Lennox Castle and Associated Hospitals 38.5 (mean) 39.6 (mean)
Richards and Sylvester (1969)| England 1961-1965 - St. Lawrence's Hospital, Caterham, Surrey 45.7 (mean) 52.6 (mean)
Carter and Jancar (1983) England 1976-1980 151 Stoke Park hospital group 58.3 (Mean) 59.8 (mean)
Puri et al. (1995) England 1981-1990 325 Leavesden Hospital 65.4 (mean) 71.7 (mean)
McLoughlin (1988) England 1983-1987 92 Prudhoe Hospital 62.3 (mean) 66.2 (mean)
Bittles et al. (2002)* Australia | 1969-2000 8,724 Disability Services Commission of Western Australia 66.7 (median) 71.5 (median)
Lavin et al. (2006)8 Ireland 1996-2001 1,120 National Intellectual Disability Database 49.5 (median) 49.5 (median)
Heslop et al. (2014)* England and| 2010-2012 247 Five primary care trusts in the south west of England 65 (median) 63 (median)
Wales
Emerson et al. (2014)* England 1980-2012 1,313 Sheffield Case Register 60 (median) 60 (median)
Landes et al. (2021a)* USA 2005-2017 22,512 National Vital Statistics System Multiple Cause-of-Death| 61.1 (mean) 61.1 (mean)
Mortality files
Doyle et al. (2021) Ireland 2009-2016 4,006 National Intellectual Disability Database 52.1 (mean) 55.9 (mean)

+ Median life expectancies of 74.0, 67.6, and 58.6 years for people with mild, moderate, and severe levels of intellectual disability. § There was no difference observed in lifespan between men and women. The mean age of

death for people with an intellectual disability was 48.88 for people with a mild intellectual disability, 51.16 for people with a moderate intellectual disability, 44.53 for people with a severe intellectual disability and 29.37 for

those with a profound intellectual disability. *In this study, people with a profound intellectual disability had a median age of death of 46. For those with a severe intellectual disability the median age of death was 59, the

median age of death for those with a moderate intellectual disability was 65 and it was 67.5 for those with a mild intellectual disability. + Over a 33 year period, this study identified an increase in life expectancy from 51 years

to approximately 60 years — no analysis of gender stratification was reported on ¢ Age differences in sex were not significant. Mean age of death for persons with mild/moderate intellectual disability was 63.62 and for people

with a severe to profound intellectual disability was 57.17.
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Notwithstanding this, it is equally correct to infer that people with intellectual
disability do die earlier than their non-disabled peers (Florio and Trollor, 2015;
Hosking et al., 2016; Heslop and Glover, 2015; McCarron et al., 2015), and while
people with an intellectual disability are living longer, the ‘age-of-death’ gap is not

progressively reducing, a significant inequality.

One of the most significant investigations in this area came from the Confidential
Inquiry into premature deaths of people with intellectual disabilities in England
(Heslop et al., 2013). This inquiry examined the deaths of people with intellectual
disabilities aged four years and older who had been registered with a GP in one of
five Primary Care Trust areas of southwest England, who died between June 1,
2010, and May 31, 2012. The findings identified that 247 individuals died during this
period and had a median age of death of 64 years. Male individuals with intellectual
disabilities died on average 13 years earlier than the population of England and
Wales (median age at death 65 years [IQR 52—75] vs 78 years), and female
individuals died on average 20 years earlier (63 years [54—75] vs 83 years), a trend
also observed in a Canadian (Ouellette-Kuntz et al, 2015) and Australian study
(Florio and Trollor, 2015). This inquiry also reported on the most common underlying
causes of death, identifying these as: heart and circulatory disorders (21%); cancer
(20%); nervous system (16%); respiratory disorders (15%); congenital and
chromosomal (7%); digestive system (5%); external causes (4%); endocrine,
nutritional and metabolic (3%); and mental and behavioural disorders (2%). Both
this inquiry and a more recent study from Scotland (Cooper et al., 2020) highlighted
that many deaths in this population are amenable to good quality healthcare, a

commonly held opinion (Hosking et al., 2016).

Regarding risk factors in relation to mortality, the evidence is broadly consistent.
Ouellette-Kuntz et al. (2015) identified that “"Down syndrome, cerebral palsy,
blindness/low vision, technological dependence/medical fragility, wheelchair
dependence, mobility impairment without wheelchair dependence, and epilepsy were
associated with increased risk of mortality” (Ouellette-Kuntz et al., 2015, p.431).
Similarly, Hosking et al. (2016) identified that those with Down syndrome, high
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levels of support needs, those living in supported living and having a diagnosis of
epilepsy had a very high relative risk of death in comparison with controls without
intellectual disability. Another Irish study by McMahon et al. (2021c) found that
congregated settings (where 10 or more people live together or on a campus based
setting) were associated with higher rates of mortality (IRR 2.57 (95% CI 1.79-3.68)
after adjustment for bed number, nurse:resident nurse ratio and service age
provision (children or adults). While other recent evidence (LeDeR, 2021) has
suggested that there are improvements in this area, significant inequalities still exist.
Such inequalities have been highlighted with COVID-19 where the rates of deaths in
people with an intellectual disability is more than those of others. More specifically,
in the UK, individuals with intellectual disability were disproportionately represented
in mortality statistics where they had a threefold incidence of mortality from COVID-
19 in comparison to the general population, with a greater difference in younger age
groups (BMJ Best Practice, 2021), a situation also observed in other countries (Turk
et al., 2020). Therefore, mortality is a particularly telling example of health

inequalities experienced by people with intellectual disability.

The aforementioned mortality statistics portray a disturbing picture regarding death
and intellectual disability. In a population known to health services and identified in
the research, mortality rates are consistently higher in people with intellectual
disability than the general population more broadly and this is a significant indicator
of health inequalities (Mackenbach, 2006).

2.8. Health and health inequalities

Before exploring the concept of health inequalities it is necessary to define what is
meant by “health”. Firstly, it is important to note that the conceptualisation of health
has evolved over time. In 1948 the World Health Organisation (WHO) originally
defined health as ... a state of complete physical, mental and social well-being and
not merely the absence of disease or infirmity’ (p.1). They added that the enjoyment
of the highest attainable standard of health is one of the fundamental rights of every
human being without distinction of race, religion, political belief, economic or social

condition (WHO, 1947). In 1947 this was a significant move towards the concept of
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health moving from a purely biological or medical perspective and encompassing
physiological, psychological and social factors, and this has remained as the
international standard since. In 1986, further additions were made insofar as the
WHO identified that health is a “resource for everyday life, not the objective of
living. Health is a positive concept emphasising social and personal resources, as
well as physical capacities.” (WHO [para.3], 2021). There has been some criticism
over the years of the definition of health from a WHO perspective as it is seen as
static and utopian (Huber et al., 2011). In the context of disability, the WHO
definition would mean that people who have a disability would also be classified as
having poor health (Krahn et al., 2021). Recognising this, in 2001, the International
Classification of Functioning, Disability and Health - known more commonly as the
ICF Framework (WHO, 2002) - classified disability as distinct from health, meaning
that while disability is an umbrella term that refers to impairments, activity
limitations, and participation restrictions, health in and of itself relates to health
conditions, environmental factors, and personal factors that may influence disability.
Essentially, this differentiated health and disability.

Another significant criticism of the terminology used by the WHO is that the use of
‘complete’ in the definition of health marginalises society and essentially it “would
leave most of us unhealthy most of the time” (Smith, 2008). Over the years,
researchers have grappled with operationalising health, although no new definition
has yet been adopted. Influential commentary from Huber et al. (2011) states that
health should be viewed as “the ability to adapt and to self-manage in the face of
social, physical and emotional challenges” (p.3) and in more recent work they have
attempted to make this definition measurable and report that bodily functions,
mental functions and perception, existential health, quality of life, social and societal
participation, and daily functioning are categorised into six dimensions of health
(Huber et al., 2016).

Considering this, Krahn et al. (2021) has considered the definition of health from a
disability perspective and report that it requires adaptation, influenced by social,

personal and environmental elements. They set out that “health is the dynamic
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balance of physical, mental, social, and existential well-being in adapting to
conditions of life and the environment” (p.1). This definition has, as a fundamental
factor, the concept of adaptation to life circumstances at its core. This adaptation is

reported to be important when considering a dynamic view of health.

Regarding the measurement of health, there are four broad approaches, these are:
(1) mortality and life expectancy; (2) self-reported general health status; (3) the
prevalence of disease or illness, and (4) wellbeing, functioning and disability
(Emerson & Hatton, 2014). These approaches are frequently used when measuring
the health of people with intellectual disability and underpin the available evidence in
this area of research (for examples of these approaches see Fujiura et al., 2012;
Hosking et al., 2016; Reppermund et al., 2019; Van Schrojenstein Lantman-de Valk
et al., 1997).

Irrespective of the difficulties of defining health as a definition or as a concept,
health can be observed as an interaction between a person’s environment, their
lifestyle and behaviours and their genetics (Committee on Assessing Interactions
Among Social Behavioral and Genetic Factors in Health, 2006). It is from this
viewpoint that health inequalities arise. Health inequalities are unfair and avoidable
differences in health across the population, and between different groups within
society (NHS, 2021). In terms of terminology, McCartney et al. (2019) provide a
broad overview regarding the differences in terminology that exists and how this
may be construed differently. For example, in North America, health inequalities may
not necessarily mean that differences between groups are unfair, and in such
instances where they are unfair or unjust, differences in the term health inequity
may be used. Moreover, McCarthy et al. (2019) contend that inequity is a term not
used in Europe and adds further confusion regarding terminology where the use of
health disparity is used, which has also been defined as simple differences between

groups.

Nevertheless, regardless of terminology, health inequalities are largely preventable

(Marmot, 2005a; Marmot & Bell, 2012) and they are not randomly distributed across
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the population (Graham, 2009); rather they are concentrated on groups of people
who have lower levels of education, are of lower occupational class and have lower
levels of income (Marmot, 2005a; Marmot & Bell, 2012). In addition to this, certain
characteristics, such as age, race, sexual orientation and disability are associated
with health inequalities, where you live and being in a vulnerable group are all
associated with health inequalities (NHS, 2021). The consequences of certain
characteristics means that the opportunity to live a long and healthy life is
profoundly unequal (Graham, 2009) and this is often the case regarding people with

an intellectual disability.

2.9. A framework for understanding health inequalities faced by people
with an intellectual disability

A significant body of evidence over the last few years has documented the
association between social factors and health (Adler & Stewart, 2010; WHO, 2008;
Dignan, 2001; Marmot et al., 1991). Essentially, these factors known as social
determinants of health are the non-medical factors that influence health outcomes.
This is a complex area that is shaped by both internal and external factors and the
interplay between these. For people with an intellectual disability this is a very
important consideration given the often atypical way of life for many of these
individuals. For example, many live in residential or congregated settings and they
generally occupy low socioeconomic positions on the societal gradient. In Emerson
et al's (2011) work in this area they cite five broad classes of determinants that
people with an intellectual disability face and these are largely aligned to the seminal
work of the Dahlgren and Whitehead ‘rainbow model’ of health determinants
(Dahlgren & Whitehead, 1991) (Figure 3 is adapted from Dahlgren & Whitehead
1991). This rainbow model maps the relationship between the individual, their
environment and health and considers the broad social and economic circumstances

that determine the quality of health of a population.
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Age, sex, and
constitutional
factors

People with intellectual disability

Figure 3. The Dahlgren and Whitehead ‘rainbow model’ of health
determinants (adapted from Dahlgren and Whitehead, 1991)

This model or framework essentially maps the relationship between different layers
that influence a population’s health. In this model, the individual is at the centre
where certain characteristics are largely fixed, for example age, sex and
constitutional factors. However, across all the other layers it is now well recognised
that these influences are largely modifiable with appropriate targeted interventions
(Marmot, 2005a; Marmot & Bell, 2012; Whitehead & Dahlgren, 1991).
Deconstructing this further, this framework can be broadly applied to the

circumstances of people with an intellectual disability.

2.10. Age, sex and constitutional factors

These characteristics are broadly fixed and play an important part in understanding
the health of people with an intellectual disability. In certain syndromes where
intellectual disability is also present, the concept of clinical phenotypes needs to be
considered. Clinical phenotypes are the outward expression of genes and it is

important in understanding the manifestation of particular sets of physical problems
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commonly encountered with particular syndromes (Strydom et al., 2019). In Figure 4

the genetic syndrome and the major associated clinical phenotype in some common

syndromes are detailed (Strydom et al. 2019). This is an important consideration as

this understanding can delineate health risks and allow for targeted responses. In

people with Down syndrome, cardiac defects are more common along with

premature ageing and Alzheimer’s disease (Lott and Head, 2019). Having an

understanding of such clinical phenotypes allows health services to pre-empt and

identify the potential trajectory of certain illnesses/diseases in certain people with

intellectual disability.

Disorder Incidence Genetics Intellectual disability | Major clinical phenotypes
Down Syndrome 1:1000 Trisomy 21 Mild to severe Typical craniofacial features and short stature, congenital cardiac
defects, gastro-intestinal malformations, premature aging and
Alzheimer’s disease.
Fragile X syndrome 1:4000 Unstable expansion of | Mild to moderate Macro-orchidism, and distinct facial features, including long face,
a CGG repeat in the large ears, and prominent jaw. Increased risk of seizures.
FMR1 gene on
chromosome Xq27.3
Angelman syndrome | 1:24,000 Maternal Chromosome | Severe to profound Motor dysfunction, craniofacial abnormalities, protruding tongue,
15q11.2 deletion seizures, hypotonia, absent speech.
Cornelia de Lange 1:10,000- Mutation of the NIPBL | Moderate to severe Typical phenotype: small stature, limb abnormalities,
1:30,000 gene on chromosome characteristic facial features, self-injury, autistic behaviour, eye
5p13 abnormalities. Mild phenotype also recognised.
Associated with frequent infections, vision and hearing problems,
GORD, cardiac defects, feeding problems, increased seizure risk.
Cri-du-chat syndrome | 1:20,000- Chromosome 5p Mild to severe Failure to thrive, characteristic facial features with high pitched
1:50,000 deletion (mostly cry, microcephaly, cardiac and gastrointestinal malformations,

Lowe syndrome

1-10: 1,000,000
Almost exclusively
males

sporadic)
Mutation of OCRL gene
on Chromosome Xq26

Moderate to severe (75% of
cases)

frequent infections, psychomotor dysfunction.

Congenital eye abnormalities (hydrophthalmia), characteristic
facial features, infantile hypotonia, renal dysfunction, serum
enzyme and musculoskeletal abnormalities.

Figure 4. Clinical phenotypes in common syndromes - adapted from
Strydom et al. (2019)

Regarding age, a more severe level of intellectual disability is associated with a

shorter lifespan (Lavin et al., 2006) meaning people with severe and profound

intellectual disabilities are more likely to die earlier than those with a milder

intellectual disability (Tyrer & McGrother, 2009). It is also acknowledged that women

with intellectual disability are more likely to have earlier onset of menopause than

those without, increasing their risks for dementia and early mortality (Coppus et al.,

2012). It is also reported that women are also more likely to be obese and have

osteoporosis (Burke et al., 2019). In both male and females, certain chromosomal
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disorders may impact growth and cause reproductive disorders (Strydom et al.,
2019) particularly syndromes like Turners or Prader-Willi Syndrome. Nonetheless, it
is important to highlight that there is a lack of research regarding how gender
influences the health and mortality of people with intellectual disability. Robertson
and colleagues (2020) have recently called for further evidence on gender and
mortality and cited that there needs to be an international agreement on
recommendations for future research relating to gender and the premature deaths

of people with intellectual disability.

2.11. Individual lifestyle factors

It is well acknowledged that individual lifestyle factors can accelerate poorer health
(Marmot, 2005a). While obesity has tripled worldwide since 1975 and is considered
an international epidemic (WHO, 2021), being overweight and obese are major
causes of co-morbidities which can lead to further morbidity and mortality (Guh et
al., 2009). This is an important issue for people with an intellectual disability as the
evidence continues to suggest that adults with intellectual disability have higher
prevalence rates of obesity and morbid obesity that exceed the general population
(Hsieh et al., 2014; National Health Service Digital, 2021) and it is seen as a greater
problem in this population than the general population per se (de Winter et al.,
2012).

While there are non-modifiable factors associated with obesity, for example gender,
severity and type of intellectual disability (Hsieh et al., 2014), the maintenance of a
healthy weight is important in the prevention of disease burden through personal
and environmental variables. For example physical activity (Bouzas et al., 2019) and
maintaining a healthy diet (Martin et al., 2021) are central to being healthy and
these variables are reported to be worse in these health risk behaviours in the
intellectually disabled population (Scott & Havercamp, 2016). Regarding substance
misuse, it is understood that young people with mild to moderate intellectual
disability are less likely to use substances than their non-disabled peers (Robertson
et al., 2020). However, it needs to be kept in mind that smoking rates among

people with intellectual disabilities who do not use intellectual disability services is
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higher and therefore this may not be fully accounted for in the evidence (Emerson,
2011).

2.12. Social and community networks

Being socially excluded negatively impacts health (WHO, 2010). While aspects of
social exclusion incorporate participating in society more broadly in terms of
employment, purchasing goods and voting, more social aspects focus on
participating socially with friends and community networks (Nicholson & Cooper,
2013). In the field of intellectual disability there are a number of related concepts
such as community integration and participation and social inclusion. These are
concepts central to the United Nations Convention on the Rights of Persons with
Disabilities (2016). Indeed, social inclusion is seen as a core domain of quality of life
for this population (Schalock, 2004) and it is also reported that a well-established
and functioning social network can lead to greater social inclusion such accessing
services, leisure activities, employment, personal autonomy and enjoyment
(Bhardwaj et al., 2018). While this concept is unique and personal to every
individual, the evidence is not positive as people with an intellectual disability
continue to be disadvantaged and socially excluded participants in society where
they are less likely to be engaged in recreational programs (Merrells et al., 2018),
have fewer friendships characterised by warmth/closeness and positive reciprocity
(Tipton et al., 2013), are more likely to experience loneliness, low perceived social
support and more social isolation (Emerson et al., 2021), and are more likely to be
exposed to discrimination (Emerson et al., 2019). When this is considered with the
degree to which individuals are interconnected and embedded in communities being
positively related to health and wellbeing, it is clear that people with an intellectual
disability are disproportionately impacted across this aspect of the framework
(Berkman et al., 2014). This is reported as being more acute for people who may
display behaviours that challenge (Bigby & Wiesel, 2011; Emerson et al., 2011) a
common phenomenon among people with an intellectual disability (Bowring, 2018;
Bowring, Totsika, Hastings, Toogood, & Griffith, 2017b; Lowe et al., 2007; Sheehan
et al., 2015).
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2.13. Living and working conditions

The principal measures of socioeconomic status or positions8 in the UK and in the
majority of high-income countries is through measuring or quantifying education,
occupation and income in a hierarchical fashion. It is well accepted that people of
higher socioeconomic status live longer, enjoy better health, and are less likely to
experience disability (Demakakos et al., 2008). In terms of living and working
conditions, education, occupation and income are largely interdependent and
interconnected, although the pathways through which socioeconomic status
determines health in such an orderly way are not fully defined (Demakakos et al.,
2008). It is important to highlight that it is difficult to measure the socioeconomic
status of adults with an intellectual disability in the same way as for the general
population, given the often atypical position they occupy in society as delineated

below:

1. Education: In developed countries legislative and policy advances have
opened up education for individuals with an intellectual disability. However,
low educational attainment is common in this population and this is
associated with downward social mobility (Emerson & Hatton, 2014) and
theoretically this limits the type of employment that is available to people with
a disability.

2. Employment: Employment is generally a source of economic benefit;
however, for people with an intellectual disability they are less likely to be
employed and are often excluded from the labour market (Brault, 2012;
McGlinchey et al., 2013). A recent review (Garrels & Sigstad, 2021) indicates
that people with intellectual disability value employment but different
education related factors may hamper access to the labour market. Heslop
(2013) further cites the atypical position of many people with intellectual
disability. In the UK many people with intellectual disability rely on benefits as
opposed to remuneration from employment. This is often an arbitrary sum
that is aligned to a broad range of assessed care and mobility needs.

88 Socioeconomic status is generally defined as one’s position or standing in society as determined by
one'’s combined economic and social status. This impacts one’s ability to access resources that are
important to one’s ability to advance and progress in a social mobility context.
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3. Income: Education and occupation influence income which in turn impacts
on the concept of poverty. While different forms of poverty exist, (childhood
poverty, pensioner poverty, fuel poverty, food poverty) poverty can be
measured in two ways; absolute or relative poverty. Absolute poverty is
where a household income is below a level to maintain basic living standards
while relative poverty is where a household income is a certain percentage
below median incomes (Foster, 1998). Poverty means much more than being
able to buy food and provide heat, poverty restricts people from participating
in society and from this perspective it is detrimental and damaging to a
person’s health (WHO, 2010). There is strong evidence to support the link
between disability and poverty (Banks et al., 2017) and there is a significant
association between poverty and the prevalence of intellectual disabilities
(Emerson, 2007; Emerson & Parish, 2010; Harris, 2006). The relationship
between both is thought to exist for two reasons. According to Emerson
(2007) poverty is a cause of intellectual disability while the financial impact of
caring for a child with an intellectual disability may cause poverty. An English
study illustrates this further insofar as Emerson et al. (2010) found that
families supporting a child with intellectual disability were (a) more likely
to be poor, (b) more likely to become poor, and (c) less likely to escape
from being poor. This highlights the exposure to poverty that families
caring for a child with an intellectual disability experience while
reinforcing the point that children with an intellectual disability are
frequently born into and grow up in poverty (Emerson & Hatton, 2014).

When the socioeconomic status of adults with intellectual disability is considered
through this lens, the impact of how these non-medical factors influence health
becomes clearer. Another factor impacting on this aspect of the framework concerns
housing and the right to an ‘ordinary life'. It is well established that a person’s
residential situation (i.e. housing conditions) is a significant social determinant of
health (Dahlgren & Whitehead, 1991; Marmot, 2005a), albeit the pathways of how

this influences health are complex (Rolfe et al., 2020).

Over the last 50 years there has been a movement to de-congregate people with an
intellectual disability from large campus base settings into smaller community based
settings (i.e. their own home) with the aim of improving the lives of people with an
intellectual disability (Emerson, 2004; Kim et al., 2001; Knapp et al., 2011; Kozma et
al., 2009; Mansell & Beadle-Brown, 2009; Martinez-Leal et al., 2011; McCarron et al.,
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2019). Across the UK, in Jersey and in Ireland the majority of adults with intellectual
disability live in a wide range of living situations, from residential and nursing care
through dispersed and supported living, to tenancies and home ownership (Hatton,
2017). Equally, many people with an intellectual disability continue to live with their
family through much of their adult lives. Emerson (2007) has previously commented
that where children and adults with intellectual disabilities live in the family home,
families and people with intellectual disability may be further exposed to

experiencing poverty due to the financial impact of caring.

Nonetheless, while there are also many social positives surrounding the change of
living environments for people with an intellectual disability, it is important to
highlight that many people with an intellectual disability do not choose where they
live and this is inconsistent with the United Nations Convention on the Rights of
Persons with Disabilities (2016). Rather, in many instances housing is determined by
availability and finances, location and resources despite individualised housing
options appearing to offer improved self-determination, choice and autonomy
(Chowdhury & Benson, 2011; Fisher et al., 2021; Oliver et al., 2020). Indeed a
recent systematic review by McCarron et al. (2019) identified that people who
moved from institutional settings to any form of community settings experienced a
greater quality of life. Furthermore, with regard to the quality of living environments,
the COVID-19 pandemic has highlighted how residential and institutional settings —
where a significant proportion of people with an intellectual disability live — has
disproportionally impacted people with an intellectual disability (Das-Munshi et al.,
2021; Public Health England, 2020; Landes et al., 2021c; McMahon et al., 2020b;
Perera et al., 2020; Office of National Statistics, 2020; Turk et al., 2020).

There are other negative strands to these issues, such as the negative physical
aspects of housing such as mould, toxins and temperature, linked to physical health
(Marmot & Bell, 2012; Rolfe et al., 2020) that are also additional considerations that
are important for people with an intellectual disability who live in atypical settings.
The psychological benefit of having your own home is acknowledged in the literature

(Kearns et al., 2000) and this may be particularly important for people with an
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intellectual disability as there is tentative evidence to suggest that good physical
housing conditions and housing tenure impact on subjective wellbeing (Clapham et
al., 2018).

Finally, as highlighted above, people with intellectual disability often experience
difficulties with accessing health care. A number of reports and publications (Ali et
al., 2013; Brameld et al., 2018; Emerson et al., 2011; Emerson & Hatton, 2014;
Heslop et al., 2013; Michael & Richardson, 2008; Ryan, 2017; Tuffrey-Wijne &
Hollins, 2014) have documented how people with an intellectual disability are often
discriminated against and denied equal access to health care thereby constituting an
inequality. Issues such as poor medical and nursing care, diagnostic overshadowing,
failure to adequately manage pain and communication difficulties has contributed to
the unnecessary deaths of people with intellectual disability (Heslop et al., 2013;
McCormick et al., 2021; Mencap, 2007, 2012; Ryan, 2017). Despite some important

kokk

improvements, the increased use of hospital passports™" and the intellectual
disability liaison nursing roles in acute services (McCormick et al., 2021). Northway
2017) contends that that significant challenges remain and continued efforts are

required to reduce this inequality.

2.14. General socioeconomic, cultural and environmental conditions

General socioeconomic, cultural and environmental conditions are the full set of
circumstances (outlined in Figure 1) within which people live and work and they
have a deep impact on the society in which we live. These are perhaps the most
important causal factors leading to health inequalities (Whitehead & Dahlgren,
2006). For example, political, economic, cultural and environmental conditions
influence our health, income, employment, education, food, security, quality of
housing and social opportunities. For people with an intellectual disability this is
particularly important as the policies and strategies that shape the society in which

they live will have a major impact on their wellbeing, especially given the above-

" In this context, a hospital passport is a communication tool that is used to support people with an
intellectual disability communicate their health and social care needs when they are in a hospital or
other medical environment.
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mentioned social and economic characteristics that are highly prevalent in this
population such as poorer health, lower levels of education, atypical living
environments and high levels of unemployment (Emerson, 2021). It is therefore
concerning that the majority of evidence reported on in this chapter is not generally
positive and much of this comes from high-income countries. It is therefore
reasonable to conclude that the social determinants of health for people with
intellectual disabilities who live in low to middle income countries may be worse
(Emerson & Hatton, 2014).

Finally, another important aspect of the ‘rainbow model’ of health determinants
concerns discrimination and attitudes. There is evidence that people with an
intellectual disability are subjected to discrimination, more so than the general
population. In the UK, Emerson et al. (2019) found that people with a disability
were over three times more likely than their peers to be exposed to discrimination,
and discrimination was more likely to be reported by people with an intellectual
disability. Another Irish study found people with disabilities experience discrimination
more than the general population and when they do, it has a more serious effect on
their lives (Banks et al., 2018). Interestingly, this study identified that people
experienced discrimination most frequently when they encountered health services,
followed by financial institutions, shops, pubs and restaurants. While this is
concerning given the frequency of contact with health services, it is perhaps not
surprising as some research has previously identified the poorer attitudes of health
professionals towards people with a disability (Ali et al., 2013; Lewis & Stenfert-
Kroese, 2010) with such negative views adversely influencing health professionals’

willingness to work with people with intellectual disabilities (Ee et al., 2021).

It also needs to be contextualised how elements of discrimination have particular
relevance to understanding the health inequalities experienced by people with
intellectual disabilities. Emerson and Hatton (2014) have identified that the extent
and pervasiveness of pejorative and discriminatory cultural attitudes about people
with intellectual disability are likely to shape the design and operation of mainstream

institutions (p.68) which include health and education services. In this vein, services
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that are offered to people with an intellectual disability are likely to be negatively
impacted due to pejorative and discriminatory cultural attitudes in contrast to the
general population. Such beliefs are considered to impact people with intellectual
disability in two distinct ways. First, the extent to which such views are embedded in
the structure of health, educational and social systems restricts access for people
with an intellectual disability and this impacts how such services engage and provide
for this population (for example, housing, secure and rewarding employment, access
to timely and effective healthcare). This negatively impacts the health and well-being
of people with intellectual disability (Emerson, 2021; Emerson & Hatton, 2014).
Second, when people who hold strong negative beliefs also work in such institutions,
they are more likely to provide substandard services. When this is considered in
tandem, it becomes clear how a different picture emerges for people with an
intellectual disability in respect of how non-medical factors influence their health and

wellbeing in contrast to the general population

2.15. Conclusion

The evidence outlined in this chapter has detailed definitions of intellectual disability
and health and considered the use of terminology, the prevalence and aetiology of
intellectual disability and briefly examined prevalence regarding gender and ethnicity
of intellectual disability. From examining health and mortality research, it is evident
that this population present with greater levels of morbidity and die at an earlier age
than the general population. In the majority of evidence reported in the chapter it is
clear that people with an intellectual disability experience significant health
inequalities, that is to say that people with intellectual disability experience unfair
and avoidable differences in health in comparison to the general population. These
inequalities are largely preventable (Marmot & Bell, 2012) but that they remain

(Emerson, 2021; Emerson et al., 2011) is a major cause of concern.

In this chapter, I have also documented a framework (the ‘rainbow model’ of health
determinants) by which the health inequalities that people with an intellectual
disability experience can be mapped and delineated. Essentially, the Dahlgren-

Whitehead rainbow illustrates that many health issues are determined and driven by
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economic, social and environmental inequalities. Across all layers of the model
people with intellectual disability are disadvantaged. While this offers a coherent
framework to interpret these ideas, it is important to point out that due to the
interconnectedness of the layers in this framework it is clear that people with an
intellectual disability are very vulnerable to social, economic and environmental
influences. An example of a typical cycle is outlined in Figure 5, which I have very
simply set out how these exposures impact the health and wellbeing of people with

an intellectual disability. This example is based on the foregoing review of the

literature.
N s
A child is born into They are (or become)
poverty and has an socially disconnected /
intellectual disability. experience Their health deteriorates
Health problems present discrimination / negative

at an early age attitudes
J J

They are unable to
afford good quality

housing / healthcare /
diet / social activities

They recieve poor or
ineffective education
during their childhood

They find it difficult to

get a meaningful job They rely on limited
that pays well due to income and live in
health / educational relative poverty
needs
\_ J

I—

Figure 5. An example of the interpersonal, social, economic and
environmental influences on health

It is important to point out that much of the research regarding health inequalities in
the health research arena has been undertaken not with people with intellectual
disabilities, but in the general population. While most of the health inequalities
research has described a societal gradient or social hierarchy (Adler et al., 1994;
Adler & Stewart, 2010; Singh-Manoux et al., 2003) by measuring a person’s

education, occupational, and income status and aligning this to their health, this may
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not be an applicable approach for use with people with an intellectual disability,

given their atypical socioeconomic status or position within society.

While the relationship between socioeconomic status and health has remained stable
in the general population (Adler et al., 2007a; Singh-Manoux et al., 2005), emerging
evidence has suggested that subjective socioeconomic status (an individual’s opinion
of their rank within society, also referred to as subjective social status) is more
strongly associated with a person’s health than conventional measures of objective
socioeconomic status indicators (Cundiff & Matthews, 2017; Euteneuer, 2014).
However, there is no available research that has considered this from an intellectual
disability perspective. It can be argued, therefore, that subjective socioeconomic
status is a suitable measure for this population given the low variation that objective

indicators will have for people with an intellectual disability more broadly.

2.16. Aims of this thesis

Considering the aforementioned evidence, this thesis aims to examine the health
and health inequalities that adults with an intellectual disability experience in the
Island of Jersey. More specifically, this thesis focuses on three aspects of health
inequalities:
4) The health and wellbeing and socioeconomic position of people with and
without intellectual disability who live in Jersey
5) The subjective socioeconomic status and health in adults with intellectual
disability
6) The relationship between objective and subjective socioeconomic status and

health in adults with and without an intellectual disability in Jersey.
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In order to achieve the aims of the thesis, five studies and a review were undertaken. The objective for each study is set out below

in Table 3.

Table 3. Layout of research studies and objectives of each study

Study Number

Title and publication history

Objective of study

Study 1 McMahon, M, & Hatton, C. (2021). A comparison of | The objective of this study was to provide an overview of the health
published the prevalence of health problems among adults with | problems that adults with and without intellectual disability
and without intellectual disability: a total administrative | experience in Jersey using ICD-10 category headings. This was to
population study. Journal of Applied Research in| compare and situate the health of this defined population in the
Intellectual Disabilities, 341), 316- | international literature.
325. https://doi.org/10.1111/jar.12785
Study 2 McMahon, M., Hatton, C., and Bowring, D. L. (2020) | The objective of this study was to examine the level of drugs that
published Polypharmacy and psychotropic polypharmacy in adults with an intellectual disability were prescribed. The rationale for
adults with intellectual disability: a cross-sectional total | this was to consider the level of morbidity and identify the exposure
population study. Journal of Intellectual Disability to poly