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186 Summary

The general aim of this thesis was to assess the effectiveness of a standardized
psychosocial education program. The first studies of this thesis were aimed to assess the
effectiveness of the Patient Education Program for Parkinson’s disease (PEPP), as the
original program was directed at Parkinson’s disease. Thereafter, it was aimed to assess the
program’s feasibility in other diseases. A second step in the thesis was an evaluation of the
feasibility of the program adapted to a new disease-specific form for Huntington’s disease
(PEP-HD). The third step was to evaluate a generic form of the program in a
heterogeneous group of patients with chronic diseases and co-morbid psychiatric problems

(PEP-CD).

Need for psychosocial help in Parkinson’s disease

Parkinson’s disease (PD) is one of the most common neurodegenerative diseases. The core
features of the disease are a resting tremor, rigidity, bradykinesia/akinesia and postural
disturbances. Also, non-motor symptoms such as cognitive deficits and psychiatric
problems are common.'” Often, PD has a substantial adverse impact on psychosocial
wellbeing and quality of life (Qol).**In previous studies, increased psychosocial problems
and depressive symptoms have been associated with more decline of Qol over time and are
therefore often recommended to be addressed in PD treatment.”” In order to explore
psychosocial burden and need for psychosocial help in PD patients relative to their current
use of psychosocial treatment and their actual request for help, we assessed data from 217
patients attending a multidisciplinairy outpatient assessment center in Nijmegen, the
Netherlands (chapter 2). Ninety-seven percent of the patients reported psychosocial
burden and need for help on the Belastungsfragebogen Parkinson-kurzversion (BELA-P-k)
questionnaire.10 Large differences were found in severity and type of problems. A higher
score on the BELA-P-k, indicating more psychosocial burden, was found for women, and
patients with a younger age and lower education, and patients with more depressive and
anxiety symptoms (Hospital Anxiety and Depression Scale, HADS)."' They also
experienced a worse Qol (Parkinson’s disease Quality of Life Questionnaire, PDQL)."
Forty-three percent of the patients had scores indicative for a depression and/or anxiety
disorder (HADS)." Of the patients, 70% reported an actual request for attention for their
mood and 50% for social contacts. However, many patients seemed to doubt or seemed to
feel insecure about their request. Less than 20% of the patients did receive current

psychosocial or psychiatric treatment. These results indicated an unmet need for
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psychosocial treatment in many PD patients. Patient education on psychosocial aspects

may help patients to improve their quality of life.

The Patient Education Program for Parkinson’s disease

The Patient Education Program for Parkinson’s disease (PEPP) was developed between
2003 and 2005 by a European consortium called ‘EduPark’. Participating countries were
Germany, Spain, Finland, United Kingdom, Italy, Estonia, and the Netherlands. Patient
education was defined as: ‘A systematic and professional approach to support patients and
caregivers by teaching them knowledge and skills in order to improve their Qol,
complementing the medical treatment’."* The aim of the program is to empower them in
dealing with psychosocial stressors caused by PD. The PEPP provides a parallel program

for patients and caregivers, and consists of eight weekly sessions of ninety minutes. Each

session has its own theme.

In the formative evaluation, the program was assessed on its feasibility by means of a pilot
study in the seven participating countries. Macht et al," described the results of the PD
patients (n =151). We compared the results of the PD caregivers (n = 137) next to the data
of the PD patients (chapter 3). Caregivers receive proportional treatment in the PEPP as
they provide most of the care for patients with adverse effects on their own wellbeing.m'18
The aim of the caregiver program is to provide caregivers with education and training
about how to maintain or improve their wellbeing and to prevent them from caregiver
overload. It was found that patients as well as caregivers from the seven countries
evaluated the program favorably. Feedback from participants and trainers led to
improvements of the program which were incorporated in the final manual.'* 1*** Self-
report questionnaires were used to compare scores before and after participation.
Psychosocial burden and need for help were assessed by the BELA-P-k. In the caregiver
group, the Belastungsfragebogen Parkinson Angehdrigen kurzversion (BELA-A-k)* was
used. Quality of life was measured with the Parkinson’s Disease Questionnaire (PDQ-39)%
in the patients and with the EuroQol-5D (EQ-5D) in the caregiver group.27 Depression was
assessed with the Self-rating Depression Scale (SDS).?® First results from the pilot study
showed that caregivers as well as the PD patients were less bothered by psychosocial
problems and had less need for help (BELA-P/A-k) after participation. Following
individual sessions, participants’ mood was elevated on a visual analogue scale measuring

current mood (Mood-VAS).?
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After the formative evaluation, a randomized controlled trial was performed in the
Netherlands (chapter 4). Sixty-four PD patients and 46 caregivers were randomly
allocated to either the intervention group which participated in the PEPP or to the control
group which received usual care. Participants in the control group received the intervention
after the study (waiting list group). Primary outcome measures were the same self-report
questionnaires as used in the formative evaluation. A short neuropsychological assessment
was used in addition. It was found that within one week after participation in the program,
caregivers reported a significantly decreased psychosocial burden and need for help
(BELA-A-k). In the patients group, a trend towards significant improvement of Qol was
found, as measured with the PDQ-39. Patients’ and caregivers’ mood improved

significantly after each session on the Mood-VAS.

The randomized controlled trial showed large variations in change scores, indicating
variation in benefit. Information about treatment effect modifiers could be helpful to
improve referring advices for participation in the program. The (cost) effectiveness of the
intervention may increase if it can be selectively provided for those who benefit most.*
Therefore, secondary analyses of data from the randomized controlled trial with 64 patients
and 46 caregivers were performed by means of regression analyses with treatment group
interaction terms (intervention versus control group) (chapter 5). Candidate treatment
effect modifiers were participants’ characteristics and baseline scores on psychological
questionnaires and patients’ neuropsychological test scores. In the caregiver group, a
higher Mini Mental Status Examination (MMSE)*! score, indicating better general
cognitive functioning of the patient at baseline, was found to be a significant predictor of
less psychosocial burden (BELA-A-k) of the caregiver after the program (corrected for
baseline scores). Thus, better cognitive functioning of the patient was found to be a
favorable treatment modifier for caregivers. This study did not find treatment effect
modifiers for PD patients: demographics, disease stage and time of diagnosis, cognitive
functioning, level of baseline psychosocial burden, participating with or without a
caregiver, and caregiver changes did not influence treatment outcome. The PEPP seems

suitable for the majority of the patients.

In the Netherlands, the PEPP manual'* is freely available and training courses for health

care professionals are being provided to ensure the quality of implementation of the PEPP.
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Health care professionals from different health care settings across the Netherlands have
followed this course and now provide the PEPP themselves. We assessed the effectiveness
of the program in the uncontrolled ‘real world’ clinical practice (chapter 6). Fifty-five
patients and fifty caregivers participated in the study at nine different sites across the
Netherlands. When provided in clinical practice, the program showed significant short-
term improvement of Qol (PDQ-39) for PD patients and psychosocial (BELA-A-k)
improvement for caregivers. Compared to the RCT study, results were replicated and the
effect on patients’ Qol was now significant. Also, the effectiveness of the program in
clinical practice at six-month follow-up was assessed. At six-month follow-up, scores
returned to baseline levels. A booster session was suggested to be helpful in order to
sustain enhanced Qol over a longer period of time. However, a temporary improvement of
Qol may be beneficial because it may lead to a deceleration of Qol deterioration. Qol
deterioration is expected in PD as, with the neurodegenerative character of the disorder,

Qol is increasingly challenged as the disease progresses.7

The Patient Education Program for Huntington’s disease

The program was adapted for use in Huntington’s disease (HD) and named Patient
Education Program for Huntington’s disease (PEP-HD). This disease is an autosomal
dominant inherited neurodegenerative disorder with mean age of onset in middle age. The
disease is characterized by progressive motor, psychiatric and cognitive symptoms.*>
Psychosocial stressors may be comparable to those in PD.*’ However, additional
challenges may be the cognitive problems, the hereditary aspect of the disease, and the
possibility of genetic testing creating a premanifest stage. Despite many recommendations
for future research about the need for studies on psychological interventions in HD,**" no
such study was performed thus far. Therefore, the PEP-HD was assessed on its feasibility
in manifest as well as premanifest HD stages. Forty patients, 19 premanifest gene carriers
and 42 partners participated. Four measurements were performed. Participants were
assessed prior to participation twice to explore ‘normal’ changes without intervention
(control period). First, the results found directly after participation were presented
(chapter 7). A significant improvement was found for HD patients regarding behavioral
symptoms (Unified Huntington’s Disease Rating Scale (UHDRS), behavioral scale® and
anxiety (HADS), and they used a less passive coping style and more seeking social support
on the Utrecht Coping List (UCL).* The caregivers reported less psychosocial burden

(BELA-A-k). Premanifest carriers and their partners improved their coping by seeking
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social support more often (UCL). These changes were not found in the control period.

Participants evaluated their participation in the PEP-HD positively. It was concluded that
the results demonstrated the feasibility of the program in Huntington’s disease, especially
in manifest stages. An international multicenter study with a large sample is necessary to

assess the program’s effectiveness further.

The PEP-HD study was followed by a study on the effectiveness of the program at a six-
month follow-up (chapter 8). We found that at six-month follow-up, patients with HD
experienced significantly less psychosocial burden (BELA-P-k). The short-term effects
regarding reduction of behavioral problems (UHDRS) and anxiety (HADS) in the HD
patients, psychosocial burden (BELA-A-k) in the caregivers and the improvement of
coping (UCL) in both the manifest and the premanifest group were no longer significant
after six months. The program was evaluated as positive, most participants experienced
benefit from participation and most of the copings strategies learned within the program
were still used by the participants. Most participants reported a need for a follow-up

session.

The Patient Education Program for Chronic disease

At last, we changed the program from disease-specific to generic: the Patient Education
Program for Chronic Disease (PEP-CD). We conducted a pilot study to assess the
feasibility of the program when patients with different chronic diseases participated in the
same group. The study was performed at a medical psychiatric center where patients with a
chronic disease are in treatment because of co-morbid psychiatric problems (chapter 9).
Twenty-eight patients and 14 caregivers participated in the program. Patients were
diagnosed with the following medical diseases: Multiple Sclerosis; Becker’s Muscular
Dystrophy; Complex Regional Pain Syndrome; Parkinson’s disease; Myasthenia Gravis;
Post-Whiplash Syndrome; Cerebrovascular Accident; Crohn’s disease; Scoliosis; Diabetes
Mellitus; Neurofibromatosis; Cerebral Ataxia; Fibromyalgia; Chronic Hepatitis C;

Pituitary Adenoma; Kidney disease; and Myalgic Encephalomyelitis.

It was found that depression and anxiety (HADS) in the patients group significantly
improved after participation and scores returned to normal (HADS < 8)." Furthermore,
patients reported less burden by psychosocial problems and less psychosocial need for help

(BELA-P-k), better mental quality of life (36-item Short Form health survey, SF-36),%
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better health state (EQ-5D) and more use of ‘Seeking social support’ as a coping strategy
(UCL). Caregivers reported less need for psychosocial help (BELA-A-k) and a better
general quality of life (EQ-5D) after participation. We concluded that patients suffering
from chronic disease with co-morbid psychiatric disease and their caregivers seem to
benefit from participation in the PEP-CD. A randomized controlled trail should be the

next step.

In conclusion, the program in its original form was found to be effective to improve quality
of life of PD patients and to reduce psychosocial burden and need for help in PD caregivers
at short term. Then, the program was found to be feasible in other diseases, in a disease-
specific for Huntington’s disease as well as in a generic form for chronic diseases wilt co-
morbid psychiatric problems. Notwithstanding that more research is needed to draw
conclusions about their effectiveness, these findings do provide possibilities for a broader
application of the program and for further research possibilities to assess the effectiveness
in other chronic diseases. Important implications for future research comprise assessment
of the working ingredients of the program and assessment of the cost-effectiveness. The
conclusions of this thesis, the methodological limitations and considerations for future

research are discussed in chapter 10.
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