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Abstract

Morvan’s syndrome is a rare form of neuromyotonia having prominent central symptoms. We present
a series of 9 patients who developed Morvan’s syndrome after scrotal tap and local instillation of
lignocaine and denatured spirit into scrotal sac to treat hydrocoele. The course of the disease was
self-limiting. All patients improved within 3 months of onset of symptoms.

INTRODUCTION

In 1890 Morvan described a syndrome of
myokymia, associated with muscle pain, excessive
sweating, weight loss, hallucinations, sleep
disturbances and behavioural abnormalities. This
form of neuromyotonia is seen in association with
autonomic, cognitive and sleep disturbance.! We
present a series of cases with Morvan’s syndrome
observed after procedure of hydrocele tapping
and instillation of chemical into the scrotal sac
to prevent recurrence.

CASE REPORTS

The diagnosis of Morvan’s syndrome was based
on both clinical and neuromyotonic discharges on
electrophysiology. Nine males with ages ranging
between 28 to 47 years, underwent hydrocoele
tapping. An equal amount of lignocaine with
denatured spirit was injected after syringing to
prevent recurrence. The commercially available
denatured spirit contains menthol — 1 % w/v
and anaesthetic ether I.P. 1 % v/v, and denatured
ethanol. Clinical features are summarised in Table
1. The symptoms began between 15 to 45 days
after the procedure. All developed excruciating
pain in lower limbs and gait disturbance. This
was followed by continuous rippling movement
involving lower limb. In 3 patients the movement
spread upward to involve upper chest and upper
limbs. These features were accompanied by
marked anxious behavior and decreased sleep.
Two patients experienced visual hallucinations.
Examination showed brisk deep tendon reflexes
and flexor plantar responses. Tremors of
outstretched hands were prominent. One patient

who had previous poliomyelitis of left lower limb
showed no worsening of his weakness.

Electrophysiological tests were performed in
all patients. Needle electromyography revealed
spontaneous neuromyotonic discharges appearing
in doublets and triplets. One patient had mild
axonal neuropathy in legs. Non-contrast MRI of
lumbo-sacral spine was done in 4 patients. There
was partial collapse of LS vertebra noted in one and
was normal in others. MRI of brain was done in
one patient (Patient 5) and was normal. There was
diffuse slowing in electroencephalogram in one
patient (Patient 3). Scrotal sonography suggested
enlarged testis and minimal peritesticular fluid.
Scrotal exploration was performed in one patient
for persistent pain. The scrotal layers were
oedematous and fibrosed. The testis was enlarged
but fibrosed. On cross-section the seminiferous
tubles were replaced by slimy material. The
histopathology revealed mature lymphocytes,
histiocytes and tangible body macrophages. There
was no evidence of tuberculosis or neoplasm.
No pus cells or neutrophilic infiltration seen.
Antibodies against Voltage-Gated Potassium
Channel (VGKC) were not screened for. Patients
received intravenous methylprednisolone one-
gram daily for three consecutive days and
carbamazepine, oxcarbazepine, clonazepam,
pregabalin or gabapentin for symptomatic relief.
The disease was self-limiting. All improved within
3 month of onset.

DISCUSSIONS

Neuromyotonia are known to be due to exogenous
toxins, certain idiopathic or inherited neuropathies,

Address correspondence to: Dr. Sanjay Sharma, Department of Neurology, Modern Medical Institute, Lalpur, Raipur (Chhatisgarh), India. Phone no:

077419001, E-mail:drsanjaysharma123 @ rediffmail.com

133



Neurology Asia

August 2010

Table 1: Clinical features of patients with Morvan’s syndrome

Patient 1 2 3 4 5 6 7 8 9

Age (years) 47 40 35 32 30 43 26 33 44

Latency of

symptoms after 15 days 25 days 3 months 2 months 2 months 1 month 20 days 2 months 28 days

scrotal tapping

Neuromyotonia

in lower limbs + + + + + + + + +

Neuromyotonia

Spreading to - - - = + - + - _

chest and upper

limbs

Anxiety,

insomnia, + + + + + + + + +

diaphoresis

Visual

hallucination - - + - = - - + _

Epididymo- + + + + + + + + +

orchitis

Concomitant Partial collapse Post polio  Axonal

illness - — of L5 vertebrae  residual  neuropathy - - - -
paralysis

genetic mutations affecting potassium channels,
paraneoplastic syndromes and after thymectomy.>
There were also cases reported after timber rattle
snake envenomation, herbicide, lead and mercury
poisoning, gold and penicillamine therapy for
treatment of rheumatoid arthritis.® Recently
Panagariya et al described multiple cases after
ingestion of Ayurvedic drugs.* An animal model
was produced by exposure to the drug 2, Azaridinyl
ethanol® and injection of neuromyotonic IgG.° The
present series presents a previously unreported
association of Morvan’s syndrome with local
injection of spirit and lignocaine into the scrotal
sac. The possible explanation in our cases is
the formation of antibodies against VGKC
evoked by local immune mediated inflammation
initiated by denatured spirit. However it was
not tested for in our cases. Antibodies against
VGKC are detected in about 40% of patients of
neuromyotonia with radioimmunoassay using '*-
I-dendrotoxin’ and also reported with Morvan’s
syndrome. Previously the central nervous system
symptoms are thought to be functional due to
absence of abnormalities on imaging studies.® It
is now believed that anti-VGKC antibodies can
affect the CNS in Morvan’s syndrome and limbic
encephalitis.”!® The majority of patients respond
to plasma exchange, intravenous immunoglobulin
and prednisolone.'""* In our series, the disease
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had a self-limiting course, all patients making a
complete recovery.
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