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Abstract

The aim of this qualitative grounded theory study was to provide insight into the
subjective worlds of young people with CF currently undergoing the transition to
adulthood. The preliminary stage of the research was to post a message on the Cystic
Fibrosis (CF) Trust internet forum for young people with CF. The message gave

details of the study and asked the young people to identify areas they felt worthy of
study in relation to the transition to adulthood. Responses were used to devise initial

interview topics for the second stage of the study.

Once ethical approval had been obtained a purposive sample of young people with CF
was recruited through two local regional hospitals. A total of eighteen participants

were recruited and interviewed, ten females and eight males, all between the ages of
16-21 years. Initially interviews were unstructured and aimed at getting participants

to open up and identify what was important to them. As data collection progressed

the interviews became more focused and hence semi-structured.

Interviews were coded and analysed using the grounded theory methodology.
Analysis generated a core category and six other salient categories. The core category
centred on the concept of normality. Being normal and leading a normal life was of
primary importance to all of the young people but the notion of normality held very
different meanings and connotations. The way in which they conceptualised
normality within the context of their own lives had far reaching consequences and
impacted upon many areas of their lives including: how they constructed their

identities; their goals and aspirations for adult life; decisions of disclosure; their

(vii)



attitudes towards treatment; how they coped with CF and their willingness to accept
support from others. Findings of the present study have highlighted a number of

implications for both practice and future research.
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CHAPTER 1

INTRODUCTION AND OVERVIEW OF THE THESIS

1.1 Introduction

Transition to adulthood is a major milestone only recently actualised for young people with
Cystic Fibrosis (CF). In recent years much progress has been made in the identification and early
treatment of CF and subsequently there has been a dramatic increase in life expectancy
(Carpenter & Narsavage, 2004). These advances have opened up the possibility for many young

people with CF to achieve the major milestones of adulthood (Badlan, 2006).

There 1s a consensus within the literature that having a chronic illness adds a further dimension
to adolescence and presents additional and unique challenges in the transition to adulthood.
However, much of this literature is descriptive in nature and lacks insight into how the dynamics
of transition to adulthood operate for those with CF (Riddell, 1998). Very little research has
addressed the transition to adulthood for those with a chronic illness; even less has focused

specifically on young people with CF, and currently very little is known about this stage of their

lives.



The overall aim of the present study was to provide insight into the subjective worlds of young

people with CF currently undergoing the transition to adulthood. Such research is needed to

enable the delivery of services that are sensitive to the needs and priorities of young people with

CF.

1.2 Overview of thesis

Chapter 2: This chapter provides a brief introduction to CF before moving on to review the
literature on chronic illness and disability from a number of different perspectives pertinent to
the present study, these are: sociological approaches, disability studies and psychological
approaches. It is acknowledged that adolescents with CF will have to deal with general issues of
the transition to adulthood as well as issues relating to their condition. Therefore, this chapter
provides a brief outline of the literature on adolescence and the transition to adulthood before
turning to the literature that addresses this stage of life specifically for chronically ill and
disabled young people. This chapter then considers research that has specifically examined the
views and experiences of chronically ill and disabled young people. Finally, a summary of the

chapter and rationale for the present study is presented.

Chapter 3: This chapter provides an overview of the methodological approach adopted for the
present study. It first presents the philosophical background of the present study and explains

why the grounded theory methodology was chosen. Following on from this the chapter then



provides a review of the grounded theory methodology including its background, strategies, data
collection methods, ethical implications and finally how rigour can be ensured in a grounded

theory study.

Chapter 4: This chapter outlines the methods used at each stage of the present study. It first

outlines the preliminary stage of the study and provides a brief summary of the results from this
stage. The chapter then moves on to provide an overview of the interview stage of the study and
the methods used and in doing so it addresses the following: sample selection; recruitment
procedures; the interview process; providing participant feedback; obtaining participants medical

information; analysis of data and finally, ethical considerations.

Chapter S: This chapter first i)rovides an overview of the ways in which data from the present
study were analysed. A short summary of the seven salient categories identified through analysis
follows before an outline of the development of the core category. The chapter then discusses
the presentation of results for a grounded theory study and specifies how the results of the
present study will be presented. Finally, the findings of the study are presented according to the

core category and the three identified subgroups.

Chapter 6: This chapter first provides a discussion of the findings from the present study within
each of the seven salient categories identified. Findings for each of the categories are linked
back to the relevant literature as reviewed in Chapter 2. The chapter then returns to the rationale

for and initial objectives of the present study as outlined in chapter 2 to address how the findings



of the present study can add to and expand upon current knowledge and thinking in this

substantive area. The limitations of the present study are then identified and finally the

implications of these findings for both practice and future research are discussed.



CHAPTER 2

LITERATURE REVIEW

2.1 Introduction to Cystic Fibrosis

Cystic Fibrosis (CF) is the UK’s most common life threatening inherited disease, affecting over
8000 people. The condition is usually recognised in infancy or early childhood and each week in
the UK five babies are born with CF (CF Trust, 2007). The disease is caused by mutation of a

single gene but there are over 600 different mutations and the severity of symptoms varies not

only between individuals but also over the course of the lifespan (Small & Rhodes, 2000).

CF is a complex disease which may affect various body organs, but the two main areas affected
are the lungs and the pancreas. It causes glands in the body to produce abnormally thick and
sticky mucus secretions, which block or clog the bronchial airways and the digestive system (CF
Trust, 2007). If left untreated the mucus in the airways of the lungs builds up and becomes the
site of recurrent bacterial infections which leads to progressive damage and ultimately
respiratory failure. The mucus also obstructs the pancreas and blocks the passage of digestive
enzymes to the small intestine which untreated leads to malabsorption, vitamin deficiency,

weight loss and ultimately severe malnutrition (Small & Rhodes, 2000; Pownceby, 1995).



There is currently no cure available for CF and it remains a progressive and ultimately fatal
disease. However, in recent years much progress has been made in identification and early
treatment of CF, thus resulting in longer life expectancy (Carpenter & Narsavage, 2004). Fifty
years ago children with CF almost inevitably died in early childhood but median life expectancy
has now reached 31 years (Esmond, 2000; CF Trust, 2007). For those bomn in the 1990°’s it is

estimated that over 90% will reach adulthood and median life expectancy is expected to reach
around 40 years (Elborn, Shale & Britton, 1991). Increasing survival rates have therefore
changed the boundaries of CF from an exclusively childhood chronic illness to one that affects

both children and adults (Esmond, 2000).

Many people with CF are now surviving into adulthood and living well into middle age. This

has brought with it the need for people with CF and professionals who provide medical and

psychosocial services to develop ways to deal with the disease during adulthood (Palmer &

Boisen, 2002) and indeed during the transitional phase between childhood and adulthood.

People with CF are now usually able to keep themselves in reasonably good physical condition,
which gives them the opportunity to lead a relatively normal life. However, there is a catch as
this can only be achieved by adhering to a strict, complex and time consuming therapeutic
schedule, thereby introducing an abnormal element into a normal life (Havenmans & Bocck,
2007). People with CF are expected to incorporate a variety of treatments into their daily lives in
an attempt to delay the progression of the disease. Most undergo twice daily sessions of chest

physiotherapy which helps to expectorate the mucus from the lungs. These sessions can be



difficult to carry out without assistance. Antibiotics are taken orally or inhaled to both prevent

and treat infections. In cases of acute infection antibiotics are delivered intravenously.
Pancreatic enzymes must be taken before each meal and many people also take vitamin
supplements to counter the problems of malabsorption. A high calorie diet is also essential to
ensure adequate nutrition (Small & Rhodes, 2000; Pownceby, 1995). These treatments need to be

performed on a daily basis regardless of current clinical status and symptoms.

As the disease progresses the frequency of hospital visits and complexity and intensity of the
treatment regime is likely to increase. Nocturnal nasogastric or gastrostomy feeds may be
introduced to maintain body weight and aggressive antibiotic treatments and the use of oxygen

will become increasingly necessary as breathing becomes more difficult. In addition as people

are living longer with CF the risk of further complications increases such as: CF related diabetes;

bone disease; liver disease and fertility problems all of which may further add to the complexity

of treatment regimes (CF Trust, 2007).

Research focusing on children and adults living with CF and chronic illness/disability more
broadly has used a number of different perspectives and the most common ones pertinent to the

present study are reviewed below. These are sociological approaches, disability studies and

psychological approaches.



2.2 Sociological approaches to chronic illness and disabili

The first sociological perspective to develop a distinct analysis of health and illness was
functionalism. In his explanation of social systems, Parsons (1951) defined health as a normal
and stable state whilst illness was seen as a form of social deviance. Parsons (1951) was

concerned with the importance of health to the functioning of the social system as a whole. He
defined illness as a social role — the sick role. The sick role allows the sick person to be exempt
from normal social roles but in return the sick person is obliged to do everything possible to
achieve the goal of complete recovery. This implies that the sick role cannot be applied to
chronic illnesses (Young, 2004). Parsons’ approach has received considerable criticism for its

simplistic view of social consensus and for characterising illness by dependency, regression and,

through encounters with qualified practitioners, hopefully recovery (Bury, 1991).

Armstrong (1994) stated that Parsons’ work is associated with a consensus model of the doctor-

patient relationship, which characterises a passive and obedient patient. In the 1970’s

sociologists began to challenge the notion that a consensus between doctor and patient was
inevitable and this led them to propose a conflict model. He also noted that more recently,
sociologists have proposed a negotiation model which stresses the active role that patients play.
People with chronic illness now expect to be empowered to participate in decision-making.
However, in a study of adults with diabetes, participants identified two ways in which
practitioners contradicted this: by discounting the experiential knowledge of patients and by

failing to provide the resources necessary for patients to make informed decisions (Paterson,



2001"). Paterson concluded that some practitioners still act according to the traditional bio-

medical model where professionals are the ultimate decision makers.

Young (2004) noted that labelling theory as proposed by Becker (1973) represents an alternate
model to the sick role. Inillness the physician labels the patient with a diagnosis and prognosis
of the illness based on the social, cultural and biological mores of the physician’s view of illness.
The patient may accept or reject this label but either way it has consequences for them.
Labelling theory can be criticised in its application to illness due to a lack of a comprehensive

explanatory viewpoint.

A potential consequence of being labelled with an illness is stigmatisation. The concept of

stigma was brought into sociology by Goffman (1963). Stigmatisation is the process in which
social meaning is attached to behaviours or individuals and occurs when evidence exists of an
attribute that makes an individual different and less desirable for example, physical deformity.
Goffman argued that stigma can be understood as the discrepancy between an individual’s
desired and actual social identity; this discrepancy results in a spoiled identity (Goffman, 1963).
Goffman distinguished between two classifications of stigma: discredited and discreditable. A

discredited condition is where visible signs of difference can be seen. A discreditable condition
is one that is invisible and hence not yet discredited. This creates the problem of whether to
disclose the condition or attempt to ‘pass for normal’. Goffman has been criticised for depicting
people who are stigmatised as relatively passive recipients of a spoiled identity. There is now a

growing body of normalisation literature that documents the complex and creative strategies

9



people use to cope with their condition and feel part of society (Joachim & Acorn, 2000'). In

spite of such criticism the stigma framework has remained predominant in illness studies (Bell,

2000).

In Britain, research on the sociological dimensions of chronic illness began in the 1960°s.

Functionalism was largely overtaken by writers adopting a broadly interactionist and
interpretative approach to the experience of illness (Barnes, Mercer & Shakespeare, 1999).
Sociological research began to document the ways chronic illness influences daily living, social
relationships and a person’s sense of self and identity (Bames & Mercer, 1996). Bury (1996)
identified two seminal works in the field of chronic illness and disability. In Britain Blaxter’s
(1976) research revealed the impact of disability on people’s lives over time, noting problems
that participants and their families faced. Inthe US Strauss and Glaser (1975) published their
work on chronic illness and quality of life. They identified the balance people with chronic

ilIness sought to strike between the demands of the illness and treatment regime and the need to

maintain a normal everyday life.

The World Health Organisation’s, International Classification of Impairments, Disabilities, and
Handicaps (ICIDH) (WHO, 1980) provided a focus for subsequent sociological research on
chronic illness and disability. Bury (2000) noted that this scheme suggests a sequence of events
based on an initial causal mechanism of disease or active pathology. Thus, health status is seen
as a central element in the disablement process. Previously within the field of chronic illness the

documentation of the problems faced by patients tended to dominate the research. However,

10



since the 1980’s research findings have also been documenting the positive steps people take to

manage, mitigate or adapt to chronic illness and the meanings attached to these actions. This is

reflective of a change in emphasis to a more theoretically informed approach to chronic illness,

that is interpretive sociology which views people as active agents. Bury (1997) identified three

aspects of the experience of and response to chronic illness within this work:

Biographical disruption — the onset of illness exposes the individual to a threat to their self-
identity and a potentially damaging loss of control (Bury, 1988). From her work on how
people with chronic illness experience a loss of self, Charmaz (1983; 1991) postulated that
following the onset of chronic illness people often experience a deteriorating self image, live
restricted lives, are devalued as less than normal and feel they are a burden to others. This

reduces their self worth until some alternative means of satisfaction can be found.

The impact of treatment on everyday life.

Long-term adaptation to and management of illness and disability, which is undertaken as
people try to reconstruct a normal life. Bury (1991) believed it was necessary to distinguish
between coping, strategy and style. Coping refers to the cognitive processes whereby the
individual learns how to tolerate the effects of illness and maintain a sense of self worth in
the face of disruption. An example of coping would be normalisation. The term strategy
refers to the actions people take in the face of illness to mobilise resources and maximise
favorable outcomes. Style refers to the way people respond to and present important features
of their illnesses or treatment regimes.

11



In their study of adults with CF Lowton and Gabe (2004) used Bury’s definitions to identify
three distinct modes of coping: making comparisons to others; maintaining a positive attitude
and acknowledging a loss of spontaneity. They also identified two styles used by participants;
fraudulence and denial. Fraudulence was a style used by the adults to maintain the perception of

their health as ‘normal’ as they felt that they were a fraud in their claim to be a person with CF.

The study of chronic iliness has been an important way of examining aspects of identity, social
interaction, experience of stigma and the body in late modern society (Bury, 1997). However,
much of this work has focused on those who have acquired a chronic illness after a long span of
good health rather than those born with a chronic illness such as CF. There remains much

interest in the impact of chronic illness on a person’s identity and sense of self within

sociological work.

The public and shared aspects of a person’s identity establish what and where that person is
within social structure and identity defines a person as a social object located into group
membership and social relationships (Kelly & Field, 1996). Core identities consist of a person’s
gender, age and ethnicity whilst other identities reflect personal qualities or primary role
activities that can be impacted upon by chronic illness (Kelly and Field, 1996). However, Kelly
and Field (1998) stressed that chronic illness may not be disruptive for everyone, as people have
any number of bases available for identity construction. In addition chronic illness may become

a stable orienting aspect of an individual’s life providing shape, meaning and coherence to them.

12



Joachim and Acorn (2000') noted that researchers have traditionally studied and interpreted the
chronic illness experience through a lens of either normalisation or stigma. However, they
argued that in order to capture and understand the experience of people with chronic conditions,
researchers should consider the interdependence of the two perspectives and avoid assumptions
that derive from stigma or normalisation alone. They argued that consideration of both

perspectives would facilitate a broader and more accurate understanding, as failure to look

through both lenses would ensure that half the picture is missing.

Researchers who study chronic illness through a normalisation lens have described the process as
one of actively adapting to changes wrought by the condition (Joachim & Acom, 2001*). Some
researchers have described normalisation as a process in which, the person with a chronic illness

chooses to function effectively and be perceived as normal (Deatrick, Knafl & Murphy-Moore,

1999). Other researchers have described normalisation as a common management strategy
among persons with chronic conditions (e.g. Darling & Darling, 1982). In contrast some
researchers describe the process of normalisation for those with a chronic illness as perceiving

and describing their lives as normal even in the face of numerous difficulties (e.g. Miller, 2000).

Strauss, Corbin & Fagerhaugh et al. (1984) described normalisation as a basic strategy used by
the chronically ill to establish or maintain a normal life despite the disease and its symptoms.
Their view assumed that ill people themselves take part in the normalisation process. They
argued that normalisation tactics will vary along the illness trajectory. Chronically ill people will

move from acting as anybody else to acting normal under special circumstances as the disease

13



progresses. This will require a redefinition of normality. Researchers who have considered the

role of social support in the normalisation process have found that it helps those with a chronic

iliness develop a more positive sense of self (e.g. Charmaz, 1983).

Thorne (1993) conducted a qualitative exploration of the chronic illness experience from the
perspective of chronically ill patients and their families. She found that the idea of normal held
much meaning for patients and their families and they often cited normal as a reference point
from which to describe their own unique experiences. For some normal meant being able to fit
in and was seen as a social abstraction and an ideal. For many the experience of chronic illness
had altered their sense of what was normal and through normalisation the work of managing
their chronic illness became a normal part of daily life. Such normalisation presented a number

of advantages. For many patients redefining themselves in terms of a modified notion of

normalcy had helped them to create a positive attitude towards living with chronic illness.
Finding ways to feel normal was an important strategy to minimise some of the social effects of

having a chronic illness and to minimise the significance of limitations.

However, a number of participants articulated a perspective that depicted sharply from such
normalising. From their perspective such a strategy could create serious problems and lead to a
denial of the implications of their illness. At some point in their chronic illness experience these
participants had come to realise that normal was largely an artificial construct that they had
blindly accepted as valid. Many of them were surprised by the extent to which assumptions of

normality had shaped their early adjustment to chronic illness. Rejecting the social value of

14



normalcy had, they felt, freed them to adopt unique and individualised solutions to the problems

they faced.

The accounts generated through this study portrayed that normal is a highly charged concept that

has considerable impact in shaping the way chronically ill people define themselves, manage

their lives and cope with the abnormalities of illness (Thorne, 1993). Thorne concluded that
normalisation can be a double edged sword with beneficial consequences under some
circumstances and crippling ones under others. She further noted that the advantages of
normalisation have attained widespread acceptance within the health care community. However,
it should be recognised that such a strategy can disadvantage some individuals for whom it

represents a subtle but penetrating form of denial.

Joachim and Acorn (2000") stated that in general when the literature on chronic illness is
considered through a normalisation lens the experience is best understood in terms of the
strategies people use to cope, feel part of society and counter the effects of stigma. The
normalisation process values control over symptoms and the ability to make life as normal as
possible. However, this perspective may underestimate the power of social context and the

impact it can have (Joachim & Acorn, 2000").

In spite of the growing body of normalisation literature, Goffman’s (1963) work on stigma has

also remained influential in the sociological study of chronic illness. In recent years the concept

15



of stigma has attracted increasing attention among health professionals as it is thought that
stigma may contribute to the burden of illness and influence the effectiveness of treatment
(Weiss, Ramakrishna & Somma, 2006). Joachim and Acorn (2000") stressed that the conclusion
of research using a stigma lens is usually that stigma is not under the control of the individual.
Therefore, the individual with a chronic illness is portrayed as a victim of prevailing norms.
They noted how research through a stigma lens tends to highlight the relationship between
society and the person with a chronic illness. Such research provides an overview of how
society treats a person with a chronic illness and focuses on the negative and challenging social
context within which a chronic illness is lived (Joachim & Acorn, 2000'). They argued that
researchers using a stigma lens only, overlook the momentum and energy in the normalisation

process.

Coping with stigma involves various strategies including decisions about disclosure for those
with invisible illnesses (Joachim & Acormn, 2000%). Difficulty in disclosing is related to the belief
that the response of others will be negative and disclosure runs the risk of rejection and loss of
control (Charmaz, 1991). Joachim and Acorn (2000?) argued that the management of
information in the lives of people with chronic illness is critical. They identified two ways in
which people with invisible illnesses may disclose: spontaneously or in a protective manner

where they control how, what, when and who is told about the condition. They noted that
currently little is known about people’s decisions regarding disclosure and how they cope with
the results of their decisions. They stressed that understanding of how individuals experience

chronic conditions in terms of visibility has implications for both research and practice,

16



In relation to disclosure, Lowton (2004) conducted interviews with adults with CF aged 18-40
years. She identified three situations of disclosure: low-risk situations; medium-risk situations
and high-risk situations. In all situations disclosure was seen as a risk due to the potential

consequences, both positive and negative. In all situations, state of health, the body and its
changes with increasing illness were significant factors in the decision to disclose or conceal the

condition.

Low-risk situations were casual encounters with a low level of intimacy in which, participant’s
felt that there was a slim chance of discovery if they chose to conceal their CF. In these
situations identity as a normal adult was usually assured and felt or enacted stigma was not an
overriding factor due to the perceived ignorance of the general public about CF. Rather than the

fear of stigma it was the level of "botherment” that participants’ perceived they would experience

in having to explain the condition to others who had little knowledge of it.

Friendships were classed as medium-risk situations and here the perceived reaction of others

began to influence decisions about disclosure. In these situations the risks and benefits of
disclosure were considered more carefully. Participants used past experiences of disclosure to

inform their decisions of when to disclose to friends. Perceived level of intimacy with friends
was a significant factor and decisions were often based on the quality of a relationship.

Participants expressed a fear of being treated differently, as a patient rather than a friend.

17



Disclosure to a potential partner or prospective employer was classed as a high-risk situation as
there 1s a much greater chance of discovery. In these situations disclosure was perceived to hold
great difficulty due to the significance of possible consequences. In decisions about disclosure to
a potential partner, level of intimacy and perceived reaction were again significant factors. Early
on in relationships partial disclosure was common. A major issue identified by participants was

fertility and the risk of rejection by a potential partner due to infertility.

2.2.1 Criticisms of sociological approaches

There have been a number of criticisms of sociological approaches to chronic illness and
disability. The socio-medical model of chronic illness and disability adopted by sociologists has

come under heavy criticism from disability theorists for its causal link between impairment and

disability. As discussed below, proponents of a social model of disability have argued that
disability is a problem entirely social in nature. In response to this Bury (2000) noted that the
ICIDH (WHO, 1980), definition, which underpins the socio-medical model, does recognise that
disability is influenced by context and culture however, he also argued that some of the key

features of disability are clearly the result of illness and impairment. He believed that the socio-

medical model occupies a meeting point between the direct effects of chronic illness and

impairment and the social context in which people live.

Whilst there is a preoccupation with the meanings of illness in sociological work, Bury (2000)
stressed this extends from cognitive to cultural and structural issues. He highlighted his previous

18



work, which identified at least two core senses in which meaning is used in the context of

studying chronic illness (Bury, 1988). The meaning of illness in terms of its consequences refers
to the material and practical difficulties that flow from emerging disability and the surrounding
environment. The meaning of illness in terms of its significance refers to the way alterations in
the body interact with wider social, cultural and structural contexts. This goes beyond practical

consequences to issues of appearance, social performance and thus identity.

Whilst sociological research and writing on chronic illness is now extensive, most of this work
either focuses on the experiences of adults or takes an adult centered view of the experiences of
children and young people. In addition the specific ways in which age shapes the experience of
chronic illness has typically been ignored by researchers and rarely are distinctions in illness
experience conceptually linked to issues of living at a particular developmental stage (Thorne &

Paterson, 2000).

Bury and Gabe (2004) noted that there are few sociological accounts of chronic illness that do

not acknowledge that basic to the experience of illness is disruption to a normal and usually

desired routine of everyday life. However, the majority of accounts have centered on adults who

have generally enjoyed a long span of good health before suffering the onset of symptoms

(Lowton & Gabe, 2004). Whilst some attention has been given to chronic illnesses diagnosed in

childhood the focus has firmly been on the child and their family.

19



Much of the sociological work cited above has been carried out by able-bodied people and those

without a chronic illness. In contrast, there is a body of work led by disabled people which
places great emphasis on the role of society in disabling people and the negative consequences

this can have for individuals. This perspective is reviewed next.

2.3 Disability Studies

For most of the twentieth century in Western societies, disability has been equated with flawed
minds and bodies. The individual’s impairment necessitates dependence on family, friends and
welfare services and disability amounts to a ‘personal tragedy’ and a social problem or burden
for the rest of society. However, since the late 1960’s this orthodoxy in both thinking and
practice has become the target of campaigns across Europe and North America (Barnes &
Mercer, 2003). Disabled people took the lead in campaigning and by the early 1970°s two
organisations had been formed in Britain: the Disablement Income Group and the Union of the
Physically Impaired Against Segregation (UPIAS). These organisations raised the concerns of

disabled people onto the political agenda (Oliver, 1996).

The UPIAS (1976) produced a manifesto entitled Fundamental Principles of Disability, which,
asserted that it is society that disables people with impairments. It defined disability as
something imposed on top of impairments by society and therefore defined disabled people as an
oppressed group within society. The UPIAS analysis of a disabling society is built upon a clear

distinction of impairment and disability. Impairment is defined as “Lacking part or all of a limb,

20



or having a defective limb, organ or mechanism of the body.” Disability is defined as “The
disadvantage of restriction of activity caused by a contemporary social organization which takes
little or no account of people who have physical impairments and thus excludes them from

participation in the mainstream of social activities.” (UPIAS, 1976, p. 3-4).

This distinction enabled the development of a social model of disability, which rejects an
individualistic approach to disability and locates disability squarely within society (Oliver,
1996). The social model of disability has challenged the personal tragedy view of disability that
informs medicine, rehabilitation and broader cultural thinking about disability (Thomas, 1999).
It is recognised that the social model is only a stepping-stone to building a social theory of

disability. However, it quickly became the basis for disability awareness (Oliver, 1996).

In recent years disabled people both individually and collectively have rejected the personal
tragedy approach to disability instead adopting the principles of the social model. A vast amount
of literature both on and more recently with and by disabled people has contributed to this
approach, which is now broadly termed “disability studies’. Barnes & Mercer (1996) noted that
the focus for much of this is the social and economic disadvantage and discrimination
experienced by disabled people. Within disability studies there has also been much critique of
the established definitions and language used in relation to disability. One consequence of this is
that within disability studies the phrase ‘disabled people’ is used, as opposed to ‘people with
disabilities.” Barnes and Mercer (2003) advocated the use of the term ‘disabled people’ as it

emphasises the ways in which social barriers affect life chances.
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Disability theorists have been particularly concerned with the way in which disabled people are
socially oppressed as a result of social and environmental barriers such as lack of equal access to
employment, transport, housing and services as well as discrimination and prejudice. Marks
(1999) stated that disabled people remain one of the poorest and most oppressed sectors of
society in the UK and USA. The effects of their unequal opportunities in employment are seen

not only in terms of the actual numbers employed but also in levels of pay and type of

occupation (Arthur & Zarb, 1995).

A turther concern has been the role of medicine and health professionals in the lives of disabled
people. Oliver (1996) argued that the medicine and rehabilitation enterprise is founded upon the
1deology of normality and restoring the person to a normal state. Medicine is seen to contain a
series of latent normative assumptions about value, beauty and function (Marks, 1999), all of
which serve to devalue those with impairments. Professionals involved in the lives of disabled
people often hold much power over the individual and act as gatekeepers to a wide range of
resources (Marks, 1999). Davis (2004) stressed that this is a particular concern for disabled

children and young people, as professionals may assume they are unable to put forward their

own solutions and therefore disregard their feelings and opinions on matters of concern.

Disability theorists have drawn attention to culture, media and representation as playing an
important role in the oppression of disabled people. It is felt that the socially dominant culture
shapes the way in which they are viewed and this has contributed to the oppression of disabled

people (Riddell & Watson, 2003). Morris (1991) noted that they are typically missing from
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mainstream culture. Language is ofien used to separate them from society through labelling.
Words used to describe disabled people are almost invariably negative or passive and they are
described as sufferers or victims who are thought to have needs rather than rights (Swain, French

& Cameron, 2003). Swain ef al. argued that impairment represents a threat to the established
notion of normality and they noted that the majority of disabled people are well into adulthood

before they manage to abandon or at least challenge these expectations of normality.

The misrepresentation of disabled people by charitable institutions is a particular concern for
disability theorists as many people learn about disability through the media (Barnes, 1992).
Charities often portray disabled people as socially isolated passive recipients of caring attention
(Wales, 2004), as they seek to generate pity and sympathy in an attempt to motivate the general

public to donate money (Shakespeare & Watson, 1998).

There is a'n interest within disability studies of the role of culture in shaping the identity disabled
people take on for themselves (Swain et al., 2003). In recent years the question of identity has
become central within disability studies (Scott-Hill, 2004), in particular the rapidly growing body
of affirmation literature (Darling, 2003). An affirmation model of disability rejects the tragic
view of disability and encompasses positive social identities both individually and collectively
for disabled people (Swain & French, 2000). This involves the disabled individual asserting a
positive identity in being disabled and actively rejecting the dominant value of normality. This
occurs through a process of coming out, where the individual redefines their personal identity, no

longer regarding disability as something to be hidden but rather as an imposed social category to
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be challenged. Identifying as disabled goes against the stream and is a declaration of belonging
to a devalued group within society. Swain ef al., (2003) argued that this identification offers
disabled people a positive self-regard and represents a move from the personal tragedy view to

the social model view of disability.

However, Darling (2003) noted that not all disabled people share a common perspective. She
argued that the actual identity of disabled people remains an empirical question and that we need
to understand all segments of the disabled population. A number of variables may affect identity
including the nature and visibility of impairment. Shakespeare & Watson (2002) stated that
some people with hidden impairments may be less likely to come out as disabled and move to a
positive acceptance of difference, instead choosing to maintain a normal identity by passing as

non-disabled. This refusal is sometimes seen as internalised oppression which, they argued is

both patronising and oppressive in itself as people have choices as to how they identify.

Watson (2003) highlighted how within disability studies identity is often presented as fixed but
he questioned whether such a shared identity exists. He interviewed 14 disabled men and 14
disabled women and found that many rejected impairment in the construction of their self-
Identity. Despite experience of oppressive practices, only 3 participants incorporated disability
into their identity. For some this was because they rejected physicality as an essential, biological
determinant of self. For others their self-identity was not about difference but what they could
do. Ideas of normality, leading a normal life and just getting on with things were present in the

majority of participants’ responses. For others their identity involved a reconstruction of
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normality in the construction of self-identity. Their self-identity as a normal person was not
achieved through the sidelining of impairment but by reconstructing normality. Only a small
number described themselves in negative terms. Watson’s analysis suggested that having an

impairment becomes part of everyday experience and simply a fact of life.

There are clearly areas of common ground to be found within disability studies and the sociology
of chronic illness and disabilﬁty, such as identity formation. However, disability studies grew in
opposition to medical sociology and there remains today a marked divide in Britain between the
two domains (Thomas, 2004%). More recent sociological studies have drawn inspiration from the
interpretative tradition and have focused on how individuals make sense of disability and how
their understanding influences social action. Disability theorists have been highly critical of such

accounts as they adopt a personal tragedy approach to disability and locate the problem of

disability within the individual (Barmnes & Mercer, 1996).

Barnes and Mercer (1996) noted that medical sociologists readily adopted the ICIDH framework
(WHO, 1980) for explaining how impairment or chronic illness creates activity restrictions
(disability) and social disadvantage (handicap). This stands in sharp contrast to the outright

rejection of the framework by disability theorists. At the centre of the dispute was the question
of how far sociological accounts elevated impairment to the determining "cause' of disablement.
Disability theorists have argued that sociological accounts deflect attention away from

disablement and have made no impact on removing disabling barriers. As Barnes and Mercer
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(1996) noted, this left little common ground with disability theorists and their concentration on

the social exclusion and oppression of disabled people.

In spite of the unity of disability theorists in their critique of sociological accounts, recent years
have seen the social model of disability being challenged from within the ranks of the Disabled
People’s Movement (Barnes & Mercer, 1996). Disabled feminists have been particularly critical
of its failure to categorise the role played by impairment and illness in the life experiences of
disabled people (Morris, 1991; French, 1993; Crow, 1996; Thomas, 1999). It is also suggested
that the social model places too much emphasis on socio-structural barriers and consequently
downplays the cultural and experiential dimensions of disability (Thomas, 1999). Shakespeare
and Watson (1998) argued that a balance needs to be struck between understanding disabled
people as individuals and as members of a disadvantaged group and hence to both recognise
commonalities and respect differences. The social model is further criticised for its exclusion of
particular groups including disabled children and young people (Shakespeare & Watson, 1998;

Thomas, 1999; Connors & Stalker, 2007).

It could be further argued that the social model excludes those with a chronic illness. Marks
(1999) noted that in an attempt to avoid the medical criteria associated with the nature of
impairment, the social model argues a key criterion for inclusion in the Disabled People’s
Movement is to have a positive identity as disabled. However, many people with impairments
and chronic illnesses do not necessarily identify as disabled. As someone with a chronic illness

herself De Wolfe (2003) argued that there is a divide within disability studies between disability
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and 1llness, with social responsibility for the latter construed mainly in terms of provision of
individual health care and personal support. However, she believed it is not possible to draw a
firm line between those characterised as disabled and those characterised as sick and she stressed
the need for allegiances to be formed between the two. In acknowledgment of this the present
study will draw upon literature and research that addresses the experiences of both young people

described as disabled as well as those who have a specific chronic illness.

Disability activists are wary of any shift in perspective that might suggest a return to the
traditional personal tragedy view of disability but the experience of illness and disability are
often inextricably linked (De Wolfe, 2003). Disability activists construe their bodily state
primarily as the subject of social accommodation rather than medical attention. The same cannot
be said of people with chronic illness as many rely on medical attention to keep themselves well
and in some cases alive. For those with chronic illness many problems do result from their

bodily conditions and no amount of social accommodation can compensate for this (De Wolfe,
2003). However, De Wolfe stressed that this does not mean social arrangement does not have a
significant impact on the experience of illness. It does not mean that people with chronic illness
do not experience disability in the form of social barriers. Crow (1996) highlighted the political
danger of neglecting embodied experience in that it may create a hierarchy of impairment headed

by those whose impairments can at least in principle be rendered irrelevant by social change.

Thorne & Paterson (2000) have argued that the theoretical and pragmatic distinction between

chronic illness and disability is a critical issue requiring wide spread consideration. At present
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there is no political movement of sick people but it should be acknowledged that those who live
with illness require social recognition, inclusion and support. This is unlikely to be forthcoming
if illness, as has traditionally been the case with disability, is construed as a purely individual
problem. De Wolfe (2003) is of the opinion that those with chronic illness would gain from a
broadening of the Disability Movement to specifically include them as they could then begin to
articulate their social needs. Disabled people could also benefit in feeling free to include all of

their lives, as advocated by disabled feminists.

A social relational approach to disability as advocated by Thomas (1999) may go some way in
addressing criticisms of the social model, in particular by being inclusive of all people who are
disabled regardless of their particular impairment and thereby forging links between disability
and illness. Thomas (2004?) stated that a social relational view of disability can be found within
the original UPIAS (1976) manifesto however, she argued that this has been obscured by the

shadow of the social model.

A social relational view means it is possible to acknowledge that impairment and chronic illness
directly cause some restrictions of activity and Thomas (1999) referred to these as impairment
cffects. Impairment effects do not constitute disability as disability only comes into play when
restrictions of activity are socially imposed (Thomas, 2006). Thomas (2001) stressed the
importance of taking account of people’s personal experiences of living with impairment. An
enriched understanding of a variety of impairments may allow for many forms of disablism to be

identified, understood and challenged (Thomas, 2001).
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Thomas (1999) provided a social relational definition of disability:

“Disability is a form of social oppression involving the socially imposed restrictions of activity
on people with impairments and the socially engendered undermining of their psycho-emotional

well being” (p.156).

Thomas (1999) recognised the role of socio-structural barriers in disabling people with
impairment and referred to these as barriers to doing. However, she believed that other
dimensions of disablism should move centre stage in disability studies — those that operate to
shape personal identity and subjectivity and operate along psycho-emotional pathways. This she

termed the psycho-emotional dimension of disability, which creates barriers to being. This form

of disability can shape in a profound way what people can be as well as affecting what they can
do as a consequence (Thomas, 2004'). The agents of psycho-emotional disablism may be people
close by such as family and friends, individuals in direct contact such as professionals or
strangers (Thomas, 2001). A social relational approach may provide a more accurate account of
disability for those with less visible impairments, including those with chronic illness, as whilst
structural disablism may be present at some time in their lives the experience of psycho-

emotional disablism may have a greater influence on their well being (Reeve, 2004).

Thus Thomas also emphasised the psychological effects of impairments and the review now

turns to research from a psychological perspective.
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2.4 Psychological approaches to chronic illness

2.4.1 Health psychology

Health psychology is considered to be closely related to the field of medical sociology as both

disciplines study many of the same topics. However, they also differ in fundamental ways,
namely in their theoretical underpinnings and thus their orientation to research (Umberson,
2000). The greatest overlap in the two fields occurs in the interest of both in psychosocial
research and both fields view health and illness as the result of a complex interplay between
biological, social and psychological factors. Within psychological approaches to health and
1llness emphasis is placed on individual factors such as personality traits and locus of control.
Psychological approaches do recognise that the social environment affects the experience of
health and illness but the focus is often on individual differences in reaction to the social

environment (Umberson, 2000).

Health psychology emphasises the role of psychological factors in the cause, progression and

consequences of health and illness (Ogden, 2004). A major focus within this field is health

beliets and behaviours. Studies with lay people have explored the complex and elaborate beliefs
that individuals have about health. One concept to be developed from such research is health
locus of control. Individuals differ as to whether they tend to regard events including those

related to health as controllable by them (an internal locus of control) or uncontrollable by them
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(an external locus of control). Locus of control has been shown to be related to whether an

individual changes their behaviour for health reasons (Ogden, 2004).

The health belief model is a cognitive model developed by Rosenstock (1966) that is used within
health psychology to predict preventative health behaviours and to understand the behavioural

response to treatment in chronically ill patients. The model predicts that behaviour is a result of
a set of core beliefs, these are: susceptibility to illness; severity of illness; the costs involved in
carrying out the behaviour; the benefits involved in carrying out the behaviour; health

motivation; perceived control and cues to action which may be internal or external. These core

beliefs are used to predict the likelihood behaviour will occur (Ogden, 2004).

The review will now turn to psychosocial research on chronic illness in the areas of adjustment,

coping and adherence.

2.4.2 Adjustment

Chronic diseases carry important psychological and social consequences that demand significant
psychological adjustment and researchers have yielded complex conceptions of what it means to

adjust to chronic disease (Stanton, Revenson & Tennen, 2007). Three broad conclusions have

emerged from the literature on adjustment to chronic disease: chronic disease requires
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adjustment across multiple life domains; adjustment unfolds over time and there is marked

heterogeneity across individuals in how they adjust to chronic illness. Disease severity and
prognosis, rapidity of health decline and whether the disease includes symptomatic or

asymptomatic periods all operate to shape the adaptive tasks of illness (Stanton et al., 2007).

Traditionally research about the relationship between psychological adjustment and physical
illness has focused on psychological symptoms such as anxiety and depression (Walker, Jackson
& Littlejohn, 2004). Adjustment is most commonly defined as the presence or absence of a
psychological disorder, psychological symptoms or a negative mood (Stanton et al., 2007).
Research on adjustment to chronic illness is usually measured through standardised instruments
(Woodgate, 1998) such as psychological tests and quality of life measurements and conclusions
are formed solely from this (Palmer & Boisen, 2002). The use of such measurements may only
reveal part of the story of how individuals adjust to chronic illness, and Walker et al. (2004) have

argued that in addition to psychological constructs biological and social constructs also need to

be considered.

The limited literature that is available on the adjustment of both adolescents and adults with CF

and other chronic illnesses has provided varied and conflicting perspectives (Palmer & Boisen,
2002). Some studies have reported poor adjustment, high levels of emotional disturbance,
strained relationships, social isolation, low self esteem, distorted body image and increased

anxiety and depression (e.g. Boyle, di Sant’Agnese & Sack ef al., 1976; Mulherin & Fitzgerald,
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1992; Sawyer, Rosier & Phelan et al., 1995; Bywater, 1981; Smith, Gad & O’Grady, 1983;

Moise, Drotar & Doershuk et al., 1987; Tropauer, Franz & Dilgard, 1970).

Contrary to this other studies have reported no increase in psychosocial problems, appropriate
psychological functioning, satisfying relationships, successful employment and independent
daily functioning (e.g. Aspin, 1991; Blair, Cull & Freeman, 1994; Sheperd, Hovell & Herwood
et al., 1990; Sinnema, Bonarious & Van Der Laag et al; 1988; Spirito, Russo & Masek, 1984;
Cappelli, McGrath & Heick et al., 1989!; Kellerman, Zelter & Ellenberg et al., 1980; Seigal,
Golden & Gough et al., 1990). Studies of people with CF using psychological assessment tools
have found very few if any differences between them and their healthy peers (e.g. Blair e al.,

1994; Sheperd et al., 1990; Spirito et al., 1984).

Based upon research with cancer patients, Taylor (1983) proposed a theory of cognitive
adaptation to threatening events, which, proposes that the adjustment process is, centered around
three themes. The first theme is a search for meaning in the experience, which entails effort to
understand the threatening event, why it happened and what impact it has had. The second
theme is an attempt to gain mastery over the event in particular and over one’s life more
generally. The final theme is an effort to restore self-esteem through self-enhancing evaluations.
Self-enhancement, that is finding ways to feel good about oneself, is not addressed by one

particular cognition but in their work Taylor, Wood & Lichtman (1983) found social comparison

to be the chief vehicle by which self enhancement occurred.
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More recent studies on the adjustment of adolescents and adults with CF and other chronic

conditions have focused on Quality of Life measures. Quality of life is a multi dimensional
measure that integrates self reported physical, emotional and social functioning and well being.
Quality of Life scores reflect the impact of disease related stressors and other life stressors in

relation to psychological adaptation of the individual (Goldbeck, Zerrer & Schmitz, 2007).

However, as with previous studies on adjustment the results of those reporting Quality of Life
are also varied and sometimes conflicting. Some studies have found that adolescents and adults
with CF have relatively good quality of life and achieve similar scores to healthy populations
(e.g. Szylnder, Towns & Asperen et al., 2005; Britto, Kotagal & Homung et al., 2002). Wahl,
Rustoen & Hanestad e al. (2005) found adults with CF to have a better Quality of Life than
individuals from the general population. However, in contrast to this Sawyer, Reynolds &
Couper et al. (2004) found the health related Quality of Life of children and adolescents with

chronic conditions to be significantly lower than that of those in a community sample.

Gee, Abbott & Conway ef al. (2003) administered their disease specific Quality of Life measure
to 223 adolescents and adults with CF. They found that adolescents and adults with CF

experience a progressive deterioration in the majority of Quality of Life domains as their disease
severity increases. The exception to this was ‘concerns for the future’ as scores in this domain
remained low irrespective of disease severity. They argued this suggests that concerns for the

future are of particular salience to adults with CF throughout their lives.
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A number of contributors to adjustment have been identified. Social resources are important, as
most adaptive tasks require help from others. This includes emotional support, which can
encourage positive health behaviours and minimise risky behaviour. Personality attributes have
been the focus of much research on adjustment. How personality affects adjustment falls into
two perspectives — personality as a risk factor and personality as a protective factor (Stanton et
al., 2007). Optimism is a stable personality characteristic that has been shown to be important in

adjustment to chronic illness (Walker et al., 2004).

Another contributor to adjustment is an individual’s cognitive appraisal processes. Most theories
of psychosocial adjustment to illness converge on the point that how individuals view their
disease is a fundamental determinant of adjustment e.g. whether they perceive their illness to be
a threat to their life goals (Stanton et al., 2007). Finally a factor repeatedly implicated as
influencing adjustment to chronic illness is coping (Walker et al., 2004). Much of the work on
adjustment to chronic illness relates to conditions arising in later life, unlike a condition such as

CF which is present from birth.

2.4.3 Coping

The course of a chronic disease is not only determined by biomedical or genetic factors but also

by the way the patient deals with their illness (Schussler, 1992). Most studies on coping have

used Lazarus & Folkman’s (1984) transactional model as a frame of reference. This model
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proposes that coping with stress (including disease related stress) requires cognitive and

behavioural efforts to manage specific external and/or internal demands that are appraised as

taxing or exceeding the resources of the person.

Coping responses have been categorised according to different typologies that allow for the
categorisation of coping responses into two contrasting coping styles. A coping style refersto a
person’s inclination to respond to a range of stressful situations in a particular way, independent
of the context (Boekaerts & Roder, 1999). Lazarus & Folkman (1984) distinguished two major
theory based functions of coping. Problem-focused coping involves addressing the problem that
Is causing distress e.g. making a plan of action. Emotion-focused coping is aimed at
ameliorating negative emotions associated with the problem e.g. engaging in distancing
activities. In addition several researchers have identified additional functions of coping such as
meaning-focused where cognitive strategies are used to manage the meaning of a situation e.g.

making positive comparisons (Folkman & Moskowitz, 2004). Disease concepts and coping will

interact with social parameters such as the presence and use of social support (Schussler, 1992).

For those with a chronic disease, emotion-focused coping is thought to frequently occur in

persons who do not accept their illness or consider it uncontrollable. Problem-focused coping is
thought to occur in patients who accept their illness or believe they may be able to influence it
(Schussler, 1992). Abbott, Dodd & Gee et al. (2001) developed and validated a CF specific
coping scale, which was then administered to 174 patients. They identified four distinct ways of

coping with CF: optimistic acceptance; hopefulness; distraction and avoidance. Differences in
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coping held relevance for treatment adherence as outlined below. Optimism was the coping

strategy most frequently used to deal with CF. However avoidance strategies were also<ns1:XMLFault xmlns:ns1="http://cxf.apache.org/bindings/xformat"><ns1:faultstring xmlns:ns1="http://cxf.apache.org/bindings/xformat">java.lang.OutOfMemoryError: Java heap space</ns1:faultstring></ns1:XMLFault>