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Abstract

We present a case of writer's cramp in a patient whom cranial T2 weighted MRI showed lesions in the lentiform nucleus,
putamen and the internal capsule. Following the extensive work-up for the differential diagnosis of multiple sclerosis, the patient
was defined as clinically isolated syndrome. The patient's symptoms resolved after intravenous methylprednisolone treatment.
To our knowledge this is the first case of writer's cramp with clinically isolated syndrome in the literature.

INTRODUCTION

Clinically isolated syndrome (CIS) was defined as an acute
or subacute episode affecting one region of the CNS
especially the optic nerves, brain stem or spinal cord that is
presumed to be demyelinating, with no previous history of
possible demyelinating event [,, ,]. Approximately 90% of
patients with multiple sclerosis (MS) initially present with
CIS [,]. In most instances symptoms and signs indicate a
lesion in the optic nerve, spinal cord or brain stem in an
order of decreasing frequency [,,,]. Tremor, tonic spasm,
ballism, palatal and other types of myocloni, dystonia, and
parkinsonism due to demyelinating lesions in critical regions
are known to result in such movement disorders. Movement
disorders other than tremor, associated with MS occur
infrequently [,]. The association of most cases of dystonia
including writer's cramp (WC) with MS was thought as
coincidental. Two patients described in the literature with
WC have the diagnosis of laboratory supported definite MS
according to the Poser's criteria [,]. The present case with
WC was discussed as CIS.

CASE REPORT

A 45-year-old man presented with writer's cramp that
appeared one year ago. Initial neurological examination
revealed bilateral slight postural and kinetic tremors in
addition to writer's cramp which has been associated with
dystonic posturing of elbow, thumb and index finger. The
cranial MRI showed multiple hyperintense lesions on T2-
weighted sequences (figure 1) in periventricular and
subcortical white matter (lentiform nucleus, putamen and the
internal capsule), subsequently enhancing on T1-weighted
sequences (figure 1).

Figure 1
Figure 1
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In the differential diagnosis vasculitis (Behcet's disease,

antiphospholipid antibody syndrome), vitamin B12
deficiency, neuroacanthocytosis, thyroid diseases, syphilis
and acquired immune deficiency syndrome were excluded.
Analysis of the cerebrospinal fluid revealed normal
immunoglobulin-G synthesis and negative oligoclonal
bands. The writer's cramp of the patient resolved gradually
during treatment with intravenous methylprednisolone
(1000mg/day for 5 days).

The present case was discussed as CIS since the symptom
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and MRI findings (figure 2) of the patient resolved
completely following steroid treatment and no other etiology
including vasculitis, infectious disease and metabolic
disorders could be determined.

Figure 2
Figure 2

DISCUSSION

Approximately 90% of patients with MS initially present
with an acute CIS [,]. Movement disorders are not the most
common types of (CIS) like optic neuritis, brain stem and
spinal cord syndromes. However in clinically definite MS, a
variety of movement disorders, namely tremor, dystonias,
chorea and parkinsonism have been described and were
thought to be secondary to demyelinating lesions in critical
regions [y, s, ¢, -]. Since the subcortical gray matter also
contains myelinated nerve fibers, striatum, pallidum and
thalamus can be affected by demyelinating inflammatory
process [,]. Sixteen cases of dystonia associated with MS
have been found in the literature, among which two WC
cases were present in laboratory supported definite MS
patients [,]. Only one of these cases has MRI data presenting
with thalamic and basal ganglia plaques [,]. The literature
may support the hypothesis that writer's cramp could be a
presenting symptom in MS patients and perhaps could be
considered as a form of CIS.

Our case with a history of WC for 2 years had MRI findings
supporting MS according to Fazekas criteria [;]. However,

there are two defined paraclinical indicators associated with
an increased risk of progression to MS. One of them is MRI

abnormalities and the other is the presence of CSF
oligoclonal bands [,]. In the present case, there were no
oligoclonal band in the CSF. Resolution of WC and
disappearance of contrast enhancing lesions on MRI at the
third month following pulse methylprednisolone treatment
support the diagnosis of clinically isolated demyelinating
syndrome. Moreover, other conditions causing MS-like MRI
changes have excluded with an extensive differential
diagnosis.

Writer's cramp as a segmental dystonia has an unknown
etiology and pathologic substrate. However, few studies
have pointed out the cerebellum as a target neuroanatomic
structure [,,]. This is why for the present case, it is
impossible to point out a direct relationship between
demyelinating lesions and WC, thus a coincidental
association can not be ruled out. In other way, such as
unusual clinical course, WC might be the presenting and
isolated manifestation of MS. Only the follow up of the
patient and the occurrence of a second attack will lead to the
diagnosis of MS.
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