The

University
o Of
»  Sheffield.

This is a repository copy of What patients say about living with psychogenic nonepileptic
seizures: A systematic synthesis of qualitative studies..

White Rose Research Online URL for this paper:
http://eprints.whiterose.ac.uk/104019/

Version: Accepted Version

Article:

Rawlings, G.H. and Reuber, M. (2016) What patients say about living with psychogenic
nonepileptic seizures: A systematic synthesis of qualitative studies. Seizure, 41. pp.
100-111. ISSN 1059-1311

https://doi.org/10.1016/j.seizure.2016.07.014

Article available under the terms of the CC-BY-NC-ND licence
(https://creativecommons.org/licenses/by-nc-nd/4.0/)

Reuse

Unless indicated otherwise, fulltext items are protected by copyright with all rights reserved. The copyright
exception in section 29 of the Copyright, Designs and Patents Act 1988 allows the making of a single copy
solely for the purpose of non-commercial research or private study within the limits of fair dealing. The
publisher or other rights-holder may allow further reproduction and re-use of this version - refer to the White
Rose Research Online record for this item. Where records identify the publisher as the copyright holder,
users can verify any specific terms of use on the publisher’s website.

Takedown
If you consider content in White Rose Research Online to be in breach of UK law, please notify us by
emailing eprints@whiterose.ac.uk including the URL of the record and the reason for the withdrawal request.

\ White Rose o
university consortium eprints@whiterose.ac.uk
/,:-‘ Uriversities of Leecs: Shetfiekd & York https://eprints.whiterose.ac.uk/



mailto:eprints@whiterose.ac.uk
https://eprints.whiterose.ac.uk/

*Abstract

Abstract

Purpose: This qualitative study aimed at examining the subjective experiences of patients
during the complicated and often prolonged diagnostic process of psychogenic non-epileptic
seizures (PNES).

Methods: Thematic analyses were used to explore the semi-structured interviews that were
conducted with ten individuals who have been diagnosed with PNES.

Results: Six main themes, namely inexpert healthcare providers, limited medical insurance
and loss of independence were identified as barriers, while social support, comprehensive
medical insurance and knowledgeable healthcare providers were identified as facilitators

through the process of thematic analysis.

Conclusions. The patients’ perspectives revealed that an earlier diagnosis of PNESis
essential to address the loss of independence and limit inappropriate and potentialy harmful
treatment as well as the costly burden of this condition on both the patient and the healthcare
system. It was evident in this study that healthcare providers play an essentia rolein the
subjective experiences of these individuals during the diagnostic process. The
implementation of continuous education programmes for healthcare providersin particular

could contribute positively to the diagnostic process of PNES for patients.



*Highlights (for review)

Highlights

e Medical professionals occupy key roles both as a barrier and facilitator
e Loss of independence were described as a major barrier

e Financial implications of the prolonged diagnostic process were identified as amajor
barrier.

e Patients value well-resourced services and good social support
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Abstract

Purpose: This qualitative study aimed at examining the subjective experiences of patients
during the complicated and often prolonged diagnostic process of psychogenic non-epileptic
seizures (PNES).

Methods: Thematic analyses were used to explore the semi-structured interviews that were
conducted with ten individuals who have been diagnosed with PNES.

Results: Six main themes, namely inexpert healthcare providers, limited medical insurance
and loss of independence were identified as barriers, while social support, comprehensive
medical insurance and knowledgeabl e healthcare providers were identified as facilitators

through the process of thematic anaysis.

Conclusions. The patients’ perspectives revealed that an earlier diagnosis of PNESis
essential to address the loss of independence and limit inappropriate and potentially harmful
treatment as well as the costly burden of this condition on both the patient and the healthcare
system. It was evident in this study that healthcare providers play an essentia rolein the

subjective experiences of these individuals during the diagnostic process. The
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implementation of continuous education programmes for healthcare providers in particular

could contribute positively to the diagnostic process of PNES for patients.

Keywords:

Psychogenic non-epileptic seizures
Barriers

Facilitators

Diagnosis

Healthcare providers

I ntroduction

Psychogenic nonepileptic seizures (PNES), are events that mimic epileptic seizures (ES) but
in reality are episodes of involuntary movement or behaviour that are not the result of
abnormal cortical discharges but rather of underlying psychological stressors[1]. PNESisa
complex and controversial disorder that remains poorly understood and managed in the
clinical setting [2]. Nevertheless, PNES is a common neuropsychiatric condition which is
often misdiagnosed as ES due to the similarities in presentation, frequently resulting in
prolonged treatment with anti-epileptic drugs (AED), and avoided by many healthcare
providers[1,3,4,5]. Associated stigma and loss of quality of life are compound consequences

of misdiagnosis [6].

The gold standard for diagnosing PNES is through the use of video € ectroencephal ography
(VEEG) over aprolonged period [3]. However, the mgjority of patientsin South Africa do not
have access to VEEG monitoring equipment [4,7,8]. Without access to VEEG and expertise
and theright level of expertise, PNES can be challenging to diagnose. PNES rarely presents
as an isolated symptom. Other accompanying complaints, including cognitive and sleep
problems, usually add to the intricacy of this disorder [9]. In addition, many heathcare
providers do not have the expertise to diagnose and treat PNES and subsequently, patients
with PNES may find themselves on the border between neurology and psychiatry with
neither of these professions prepared to take responsibility for treating this complex condition
[1]. Studies indicate that the average period between seizure manifestation and correct



diagnosis of PNES is about seven years [10]. During the diagnostic process patients are often
confronted with extensive and expensive testing [11] aswell as alack of understanding of
this condition from healthcare providers[1,5,8,12]. Early diagnosis of PNES is therefore not
only important in reducing the significant costs to the patient and healthcare systems, or in
decreasing the major side-effects due to incorrect treatment [1]. It is also important because
an accurate diagnosisisthe first step in PNES treatment and the outcome is better in people
with ashorter history of PNES; whilethe longer the delay in diagnosis, the worse the
prognosis for individuals with PNES [10,11]. The delay between the onset of seizures and the
correct diagnosis of PNES represents a public health problem resulting from diagnostic
difficulty, poor prognosis, disability, distress, financial implications and unemployment status
[4,13]. All these factors emphasi se the need for accurate diagnosis of PNES early in the
course of seizures. There seemsto be amajor lack of literature with regard to the experiences
of individuals who arein the process of reaching a diagnosis of PNES. Thisis an important,
but clearly neglected, area of research [1]. The present study sought to explore the barriers

and facilitators to reaching a diagnosis of PNES from the patients’ perspective.

M ethod
Study design

An explorative qualitative design was implemented in this study for two reasons. First, the
process of reaching adiagnosis of PNES isarelatively unexplored topic, not only in South
Africa, but worldwide. Second, this pilot study made use of semi-structured interviews which
aimed at identifying the barriers and facilitators to reaching a diagnosis of PNES, to be
addressed in a large-scale questionnaire survey.

Participants and procedure

The participants of this study consisted of a convenience sample of ten individuals who have
been diagnosed with PNES. Table 1 summarizes information from the participants in the

sample.
Tablel

Characteristics of participants (n =10)



Participant® | Age | Gender Race Marital Timeto | Employment | Public/
status reach a status Private

diagnosis healthcare

of PNES

1 48 | Female | Coloured” | Married | 0.5years | Employed Private
2 46 | Femae| White Divorced | >7years | Employed Private
3 51 Mae | Coloured | Married | 0.5years | Employed Private
4 41 Mae White Married 1 year Employed Private
5 26 | Female| White Single 1 year Employed Private
6 44 | Femae | Coloured | Married | 1-2years | Unemployed | Private
7 19 | Femae| White Single 4-5years | Unemployed | Private
8 19 | Femade| White Single 1-2 years | Unemployed | Private
9 43 | Femae | Coloured | Married | 0.5years | Unemployed | Private
10 55 | Female| White Single 1-2 years | Employed Private

&A participant number were assigned to each participant
P“Coloured” is aterm used in South Africa, including in the national census, for persons of mixed race ancestry
“Time from onset of seizures to reaching a diagnosis of PNES

Two hospitals (one public and one private) were approached to assist with the identification
of potential participants. These hospitals were carefully chosen because they are some of the
very few hospitals in South Africa (and the only ones in the Western Cape) that have
specialised video/EEG equipment to diagnose patients with PNES. The participants therefore
came from al over the country and have been treated by numerous other healthcare providers
in their hometowns by the time that they are referred to one of the abovementioned hospitals.
Notably, all the participants in this study were referred by the neurologist from the epilepsy
unit at Constantiaberg Mediclinic, which is aprivate hospital in the Western Cape, South
Africa, so al ten participants had access to private healthcare. This fact will of course limit
the generalizability of the study, but given the lack of services and the lack of referrals from




the public hospital despite numerous attempts to recruit participants there, this sample was

viewed as adequate for an initial exploratory study.

Inclusion criteriawere aformal diagnosis of PNES of individuals older than 18 years of age
by an experienced neurologist according to the results of Video/EEG monitoring. The
participants’ ages ranged between 19 and 55 years (X = 39.2 years). Eighty percent of the
participants were female. Five of the participants were married, with four being single and
one divorced. Only three of the participants were correctly diagnosed with PNES fairly soon
after experiencing their first seizure, with most taking up to a year. However, for some
participants it took up to five years, and another participant took 24 years to receive the
correct diagnosis of PNES. Forty percent of the participants were unemployed. Ethical
approval was granted by the Health Research Ethics Committee at the university
(S14/04/096).

After informed consent was obtained from the participants, a semi-structured interview that
lasted approximately 60 minutes was conducted with the participants. The interviews were

guided by the following broad open-ended questions:

e Could you tell me abit about yourself and your experiences up until you were told that
your seizures are not due to epilepsy?

e What were some of the barriers that you experienced during the process of being
diagnosed with PNES?

e What were some of the factors and/or resources that made it easier for you to cope with
the diagnostic process of PNES?

e What do you think could make the diagnostic process of PNES easier?

Data collection was discontinued after ten interviews, because theoretical saturation was
reached [14].

Data analysis

The interviews were audio recorded with the permission of the participants and transcribed
verbatim. The transcribed data were analysed by making use of thematic analysis[15]. The
researcher familiarised herself with the data, coded relevant text sections, organised codes
into categories and devel oped categories into underlying themes. Themes wereillustrated

through the utilisation of direct quotations from the interviews.



Results

Thematic analysis of the interviews revea ed three barriers which may appear during the
process of reaching adiagnosis of PNES. However, participants did identify ways of coping

with this difficult and often prolonged process.

Barriers

With regard to the barriers that participants had to endure prior to their diagnosis of PNES,
three main themes emerged: inexpert healthcare providers; limited medical insurance; and

loss of independence.

I nexpert healthcare providers

Dealing with healthcare providers such as neurologists, psychiatrists, paramedics and
psychologists was a barrier for participants due to misdiagnosis, inappropriate treatment with
AEDs that caused negative side effects and healthcare providers that are unfamiliar with
PNES. Seven of the participants reported that they were initially misdiagnosed with epilepsy.
Thiswas identified as a mgjor challenge as there were many negative consequences, such as
prolonging the diagnosis of PNES and taking AEDs which often had negative side effects for

the participants:
...I'was in the hospital a couple of times. They told me I had epilepsy. (Participant 7)

...they initially thought that it was epilepsy and | was prescribed tabletsfor it...
(Participant 5)

... from 2010 to 2011 I saw five different neurologists...each started me on different

medication...they all diagnosed me with epilepsy. (Participant 6)

But for some or other reason the pills made me sicker, not better... | think the
medication was the worst. . .because it makes you feel really clumsy and confused.

(Participant 2)



Healthcare providers who are unfamiliar and inexperienced with PNES were also identified
asamajor barrier during the diagnostic process. As a consequence of this, al of the
participants had to consult numerous doctors before reaching an accurate diagnosis of PNES.
The following statements highlight this frustrating experience:

...doctors were a huge challenge for me; constantly put me on medication without

knowing what was going on. (Participant 8)
...couldn’t find what was wrong, the doctor couldn’t understand it. (Participant 9)

I struggled for a long time...it felt like | was going from one doctor to another and

nobody had a clue. (Participant 2)

In my experience most of the medical staff has little understanding of my illness.
(Participant 10)

The attitudes of many healthcare providers were reported to be very challenging for the
participants to deal with:

| encountered many doctors who were rude, patronizing, and who didn’t understand

PNES. (Participant 8)

Thefirst doctor told me that | will never get better and that there was really no help for

me. Thiswas avery time difficult for me. | had no hope. (Participant 6)

| was also told several times I was faking it for attention...not only in the emergency

room, also by my psychiatrist. (Participant 2)

| felt like | was irritating the doctors. The one doctor became frustrated and said, “I

don’t know. I don’t know what else to do”. (Participant 4)

In my experience many doctors were not supportive or empathetic when they realised

that it was amenta health problem and not a medical issue. (Participant 10)

I nadequate medical insurance

The second mgjor barrier that was raised by the participants was that of medical insurance.
Six of the participants reported that athough they had access to medical insurance, it did not



cover all their medical expenses. Medica bills were always increasing and many doctors
charged fees that were out of medical insurance rates. Some of these frustrations are evident

in the following statements:

...whenever I went to the psychologist I hadn’t been able to afford it because medical

insurance hadn’t paid for it...so we couldn’t afford to...to carry on. (Participant 10)

Medical insurance didn’t cover all the doctors, as some of the doctors were out of
medical insurance rates...and, that was like, go to the best one, you know. But it’s hard
because at the end your, like ah, it was such awaste going for all those tests and we
wasted so much money but at the time, like what do you do? (Participant 5)

Loss of Independence

The third major theme that was identified was the loss of independence. All ten participants
reported aloss of independence in some form or another. The participants reported that they
had to become dependent on othersin most areas of their lives due to their seizures. Thisloss
of independence was related to three areas in particular: driving; not being allowed to be

alone; and loss of employment due to seizures.

Eight of the participants reported that a major part of their independence and sense of

freedom had been lost because they were not allowed to drive:

I couldn’t go or drive somewhere quickly and just get away; there always had to be

someone who came with, always someone to drive me around. (Participant 8)

If you drive, you’re not allowed to if you get epileptic or other attacks...it’s quite

difficult. (Participant 9)

All ten participants reported that during the process of reaching the diagnosis of PNES, they
were not allowed to be left alone. As aresult, they had felt that they had lost their privacy,

independence as well as freedom due to their seizures:
| found it hard to always have someone around me to look after me. (Participant 9)

I wasn’t allowed to be aone; I had to have somebody with me 24/7... I felt like it took
away my independence. (Participant 1)



My lifefelt out of control. (Participant 7)

Four of the participants reported that their seizures prohibited them from continuing work,
resulting in feelings that their independence was lost. This sentiment is evident in the

following statements:

The doctor said it would be best, because | work with patients, it’s for the best... |

stopped working. (Participant 9)

...dueto the seizures | had to stop working. (Participant 6)

Facilitators

Although the participants endured many barriers during the process of reaching a diagnosis of
PNES, they also reported that there were three facilitators in particular that assisted them to
cope during the process. Social support, comprehensive medical insurance and healthcare

providers were identified as major facilitators.

Social support

Nine of the participants emphasi sed the importance of socia support during the process of
reaching a diagnosis of PNES. Social support appeared to come from various sources such as
family, partners, friends, and people in their workplace and school. Socia support can be

identified in the following statements:

So | think in high school that things were easier, | had teachers who immediately knew,
and who could help immediately. (Participant 7)

...my mom doesn’t like not knowing what’s going on...she actually tried to make plans

quite quickly. (Participant 8)

...the person or people who helped the most...were my husband and my two children

who are with me now, and my neighbour... (Participant 9)

... my mother and father, they’ve been there through thick and thin...my in-laws and
then my wife’s aunt. (Participant 4)



Comprehensive medical insurance

Although medical insurance was identified as an important barrier, it was also acknowledged
asamaor facilitator by four of the participants. During the process of reaching a diagnosis of
PNES, patients have to endure numerous medical expenses from various expensive tests and
treatments, so knowing that that they have access to comprehensive medical insurance was

helpful. Thisis evident in the following statements:
...our medical insurance...covered almost everything. (Participant 8)
| went to the best medical plan...that helps a lot. (Participant 2)

I’m still lucky to be on my husband’s [medical insurance]; I wouldn’t say that I abuse it

or misuse it, but | am grateful. (Participant 1)

Knowledgeable healthcare providers

The third major resource was healthcare providers. It appears that healthcare providers were
both a barrier and afacilitator to the participants. Only three of the participants were lucky
enough to receive a correct diagnosis of PNES relatively soon after they experienced their
first seizure. Notably, although the remaining participants initially had negative experiences
with healthcare providers, all seven of them acknowledged positive experiences with
healthcare providers once they were referred to healthcare providers that were knowledgeable
about PNES. They also emphasised the healthcare provider’s positive attitudes as a major

positive contributing factor:

The fact that I had good doctors... Once | went to Doctor B. He helped me through it,

he was a good doctor, always looked after me... (Participant 7)

So then | went to more than one (psychologist) and | sort of found one that | clicked
with, and then | started getting better. (Participant 5)

...the only...doctor... that helped me was Doctor B and all the rest made it very

difficult for me. (Participant 8)

Almost two years later | was admitted to hospital and had video-EEG monitoring. That
1s where the doctor told me that I had PNES...I learned what PNES was and was also
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referred for therapy. My psychiatrist was very helpful. He would phone the medical

insurance himself and tell them that it’s chronic medication... (Participant 6)

| was lucky to recently find someone who is empathetic, kind and have experiencein
treating patients like me. There is a human factor in her interaction with me whichis

important to me. (Participant 10)

Discussion

This study is among the first to explore the diagnostic process of PNES from the patients’
perspective. Some of the main themes of this study seem to be largely confirmatory and
applicable to most chronic conditions where patients value well-resourced services
[8,12,16,17], good social support [1,5,16,17,18] and medical insurance that covers the
diagnostic process [11].

However, three aspects of the diagnostic process of PNES seem to be more prominent and
specific to this patient population. Firstly, the commonly lengthy process of reaching a
diagnosis of PNES can be alot more expensive, when compared to the diagnostic process of
other chronic conditions [11]. Financially these patients are often confronted with adelay in
confirming a diagnosis of PNES due to numerous doctors’ visits, inappropriate treatment and
medication that changes constantly [4,5,10,17]. In addition, hospitalizations in speciality
units, extensive testing and monitoring with specialised equipment such as video-EEG can be
expensive [4,11,12]. Notably, all the participantsin this study had accessto private and well-
resourced healthcare. More than 80% of people in South Africado not have access to medical
facilities with the necessary video/EEG equipment or private medical insurance mainly
because they livein rural areas and/or cannot afford it [4,7,8,19,20]. It isimportant to note
that there is a paucity of neurologistsin South Africa[21,22]. There are only approximately
100 neurologists to treat a population of almost 50 million South Africans [21]. Furthermore,
between 60 — 70 percent of South African neurologists work in private heathcare, this leads
to avery limited number of neurologists available, in the under-staffed and under-funded
public sector, to treat the vast mgjority of the population [21,22]. In reality, in both the public
and private sectors, neurologists are mainly located in urban parts of the country and this
result in alack of accessto specialist services for people who livein rural areas of the country
[21,22]. The experiences of the patients reported in this study therefore reflect the
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experiences of just avery small patient group in the South African context. The barriers faced
by PNES patients with only access to public healthcare, which are overburdened and struggle
to provide even basic services, are potentially alot more intense. In addition to the barriers
described in this paper, these individuals also face access barriers, such as high transportation
costs, vast travel distances, long waiting times to receive services aswell as alack of privacy
and confidentiality [23].

Secondly, the diagnostic process of reaching a diagnosis of PNES is generally alot longer
and more complicated, when compared to the diagnostic process of other chronic conditions
[1,11,12]. Evident in thisstudy, thislong and debilitating process has the potential to affect
the patients’ independence (i.e., impact on employment, driving, lack of privacy due to the
requirement of constant companionship) [5,16,24] and overal quality of life in particular
[7,25,26]. The unexpected and frequent nature of PNES also contributes to the experience of
these patients in a negative way [5,24]. In this study, the indirect effect through loss of
independence and quality of life seems to be much more than direct costs of drugs and

expensive assessments.

Thirdly, healthcare providers were identified as key role-playersin this study. Two main
aspects were highlighted, namely, the healthcare provider’s knowledge about PNES as well
astheir attitudes towards these patients. Knowledgeable, competent and experienced
healthcare providers were identified as a facilitator of the diagnostic process, but they were
few and far between [8,12,16,17]. In general, healthcare providers were experienced as
inexpert and recognised as amajor barrier during the diagnostic process of reaching a
diagnosis of PNES. Most of the healthcare providers that were involved in this process were
unfamiliar with PNES. Misdiagnosis and ineffective treatments resulted in amajor delay in
reaching adiagnosis of PNES in 70% of the participants of this study. Another issue raised
by the participants was their experiences of negative and uncaring attitudes from the
healthcare providers towards them during the diagnostic process. In their interaction with
healthcare providers the participants experienced emotional distressin the form of

hel plessness, hopel essness and frustration [5,8,12,13,24]. For alarge part of the diagnostic
process, the patients felt unsupported by healthcare providers. However, ultimately, all of the
participants reported that the healthcare provider who eventually assisted them in reaching an
accurate diagnosis of PNES was a major resource. This study supports the view that PNES s
acomplex and controversia disorder that remains poorly understood and managed in the
clinica setting [2]. There seems to be only a handful of healthcare providers that truly
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understand this patient population, and in South Africathis group of providers may be
skewed to the private sector. It is aso clear that the process of reaching a diagnosis of PNES
often takes long and can be complicated and challenging for both patients and healthcare
providers[1,11,12]. Failure to address this delay in diagnosis does not only have negative
implications for the patients who suffer from PNES, but also places a major burden on the
healthcare system [1].

Strengths and limitations

This study utilised a qualitative methodology to investigate alargely unexplored topic, not
only in South Africa, but worldwide. Thisis potentially advantageous in a context where
research findings are usually generated from relatively superficia studies of unselected
patient populations. Due to the small sample size, the fact that patients were recruited only
from a private hospital, and nature of the data, the findings are preliminary and cannot be
generalised, but identified issues that can inform future larger-scale studies.

Conclusion

It is my hope that the patient perspectives that were presented in this study will give avoice
to those who suffer with PNES, continuing to increase awareness about this disorder, educate
medical professionals, families and friends of those with PNES, and contribute to creating
empathy and understanding for these individuals. Very few healthcare providersin South
Africa have expertise with regard to the diagnosis, management and treatment of PNES. Itis
likely given resource constraints that there may be widespread lack of appreciation for PNES
in the general population as is the case elsewhere in the world [1,2], and both continuous
practitioner education and evidence from community-based epidemiological studies may be
helpful to improve the diagnostic process of PNES for patients. Earlier diagnosisis crucial,
because it can address patient loss of independence and allow early elimination of
inappropriate and potentially harmful treatment as well as the costly burden of this condition

on both the patient and the healthcare system.
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