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LETTERS TO
THE EDITOR

An unusual complication ofmourning

The emotional trauma of bereavement can,
on occasion, be translated into physical
trauma. Phrases such as "grinding of teeth",
"breast-beating" and "tearing one's hair
out" have a traditional association with
mourning and lamentation.' We report a case

where bereavement led directly to an uncom-
mon neurological complication of blunt
trauma.
A forty year old housewife from the United

Arab Emirates presented with a three week
history of nausea, headache, pain in the right
eye and a persistent throbbing in the head.
Her nineteen year old son had been killed in a

road traffic accident one month before
presentation, and her relatives reported that
in the few days between his death and the
onset of the symptoms she had been seen

repeatedly striking her head against a wall in
her grief.

Physical examination revealed pulsating
exophthalmos of the right eye accompanied
by a supraorbital bruit. A diagnosis of carotid
cavernous fistula was made, and carotid
angiography under general anaesthesia con-

firmed the diagnosis (fig). As part of the same
procedure she underwent balloon occlusion
of the fistula with preservation of carotid
blood flow. Her subsequent recovery was

complete and uneventful.
Carotid cavernous fistula is an uncommon

condition in which an abnormal communica-
tion exists between the carotid artery and the
cavernous sinus at the base of the skull. This
produces a characteristic syndrome of severe

unilateral headache accompanied by
ipsilateral carotid and supraorbital bruits,
progressive pulsatile exophthalmos, usually
ipsilateral, but not infrequently bilateral or

even contralateral only, with chemosis,
retinal haemorrhages, and variable degrees of
ophthalmoplegia and loss of visual acuity
which may progress to blindness. Approx-
imately 75 0( of such fistulae are thought to be
oftraumatic origin, often found in association
with a basal skull fracture, while the remain-
der are spontaneous, presumably arising from
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Vertebral angiogram, lateral projection.
There is retrograde filling of the internal
carotid artery asfar as afistula, which is
outlined (arrow) by contrast medium
shunting into the cavernousfistula.

the rupture of a previously diseased carotid
arterial wall. The majority of the post
traumatic group are due to blunt trauma,
usually following a head injury violent
enough to produce unconsciousness, alth-
ough some follow surgical procedures to the
head and neck.23 Rarely, penetrating trauma
is responsible, caused by such diverse items
as knives,4 air rifle pellets5 and fish.6
The aetiology of the carotid cavernous

fistula in the patient we describe was almost
certainly blunt trauma from the repeated
striking ofher head against a wall while in the
acute stage of mourning the death of her son.
It is not uncommon for followers of the
Muslim faith, particularly Shi'ites, to
traumatise themselves in times of great
sorrow. Beating the head against the floor (in
the position of prayer) or against a wall or
door post, or striking the forehead with the
palm of the hand are all recognised. Though
such behaviour is presumably often
associated with localised trauma of a minor
kind, we are not aware of a report of its
occurrence as a cause of carotid cavernous
fistula.

We are grateful to Mr R Jobbins of the World
Service of the British Broadcasting Corpora-
tion for advice concerning the mourning
habits of Arab Muslims.
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Chronic polyradiculoneuropathy asso-

ciated with human T-cell lymphotropic
virus type I infection

A chronic progressive myelopathy associated
with human T-cell lymphotropic virus type I
(HTLV-I) infection named HTLV-I asso-

ciated myelopathy (HAM) has been recently
described in Japan.' We report the first
patient with chronic polyradiculoneuro-
pathy, found to have HTLV-I infection.
A 53 year old woman presented with

progressing symmetrical weakness of the
lower limbs over one month. Her reflexes of
the lower limbs were absent. The worsening
and weakness was progressive. Symmetrical

weakness and atrophy of the upper limbs and
trunk also appeared a month after onset.
Eventually, after five months she showed
severe generalised weakness and areflexia. No
involvement ofthe cranial and sensory nerves
or the respiratory function was observed.
Nerve conduction studies revealed pro-

longed distal latencies (median nerve motor
latency: 7 ms), disappearance of H-reflex,
and slowing of F-wave recorded from the
thenar muscles (latency 45 ms; F-ratio 2 6).
Electromyographic examination showed
developing denervation of the anterior tibial
and gastrocnemius muscles. Sural nerve
biopsy did not indicate demyelination or
perivascular and endoneurial infiltrates of
mononuclear cells. Cerebrospinal fluid
(CSF) protein level (max 385 mg/dl) and
immunoglobul in G(IgG) (max 47 mg/dl)
was elevated with a normal cell count. Anti-
HTLV-I antibody titres were positive in both
serum (more than 512 titres) and CSF (32
titres) using the particle agglutination
method. Western blot (WB) analysis con-
firmed the presence of antibodies to HTLV-I
in the serum and CSF IgG. The CSF myelin
basic protein content was normal. There were
no atypical lymphocytes in either the CSF or
peripheral blood, and the white blood cell
count was normal. Bone marrow study was
also normal. She was seronegative for
HTLV-III.
She had been treated with prednisolone as

advocated by Dalakas and Engel' and
gradually improved over more than four
months.
Our patient had a symmetrical polyradicu-

loneuropathy characterised by high antibody
titres to HTLV-I in both serum and CSF,
confirmed by WB analysis, and a predomin-
antly lower motor neuron disorder. As shown
by ratio ofCSF to serum albumin, the blood-
brain barrier (BBB) was not damaged, and
intra-BBB IgG synthesis rate3 was increased.

Cornblath et al4 described nine patients
with inflammatory demyelinating poly-
neuropathy (IDP), found to have HTLV-III
infection. In their patients they considered
that IDP most probably resulted from an
immunopathological mechanism, reflecting
altered immune regulation produced by
HTLV-III infection. Tsukada et al' des-
cribed a patient with chronic relapsing poly-
neuropathy associated with hepatitis B virus
(HBV) infection. Electron-dense deposits,
suggesting immune complexes composed of
HBV, were demonstrated in the endo-
neurium of the patient.
Thus HTLV-I infection may cause IDP.

We assume that this patient had an IDP
associated with HTLV-I rather than the
virus directly attacking the nerve, while co-
incidental occurrence of CIDP and positive
titre for HTLV-I cannot be excluded.
Immunological, genetic or other unknown
factors may be interrelated in the clinical
manifestation ofHTLV-I infection.
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Carotid gustatory syndrome in a patient
with Holmes-Adie syndrome

Holmes-Adie syndrome comprises the "tonic
pupil" and reduced or absent deep tendon
reflexes,'-3 and it can be accompanied by
various other symptoms such as segmental
hypohidrosis, impaired sudomotor and
vasomotor reflexes, cardiac autonomic dys-
function, orthostatic hypotension and peri-
pheral neuropathy. We report a patient with
Holmes-Adie syndrome who noticed an un-

usual taste sensation in the left posterior part
of the tongue when the neck was pressed on

the same side. The patient was a 57 year old
Japanese woman who was found to have
dilated and non-reactive pupil in the left eye.

Shortly after, she noticed that pressing on the
left anterior neck elicited a "metallic" taste on
the left posterior part of her tongue. Other-
wise she was asymptomatic.

General examination was normal. The left
pupil was irregularly shaped and 6 mm in
diameter, while the right pupil was 4 mm in
diameter. The left pupil reacted to light very

slowly and incompletely to a minimal dia-
meter of 4 mm while the right pupil reacted
promptly to 2 mm. In a dark room, the right
pupil dilated promptly, but the left pupil was
very sluggish in dilatation. Convergence
reflex was moderately slow in -the left while it
was normal in the right. Accommodation was

normal with the near .point being 10 cm
bilaterally. The left pupil showed an exces-

sive response to the application of 2-5%
methacholine and became much smaller than
the right. Visual acuity, visual field and
ocular fundi were normal. There was no

extraocular muscle palsy. Facial muscles,
facial sensation and corneal reflexes were all
normal, as was her hearing. Soft palate and
tongue were normal. Lacrymation and saliva-
tion were normal.

Pressure on the left anterior neck overlying
the carotid sinus immediately produced a

"metallic" taste on the left posterior tongue.
Heart rate on ECG was slightly decreased by
the carotid pressure. Pressing the right side of
the neck did not produce any gustatory
sensation. Superficial sensation of the tongue
and pharynx was normal, and taste sensation
was normal over the tongue. Cranial nerves
were otherwise normal. There were no motor

or sensory abnormalities in the limbs except
for loss of ankle reflexes bilaterally even with
reinforcement. The skin was moderately
moist. There was no sphincter impairment.
The supine BP of 122/88 fell to 96/0 on

standing although the patient did not com-

plain of any dizziness and the pulse rate did
not change.

Laboratory tests including complete blood
count, blood sugar, ESR, CRP, serum
protein fraction, RA test, anti-nuclear
antibody, anti-DNA antibody, anti-RNP
antibody, LE tests and ECG were all normal
or negative. During hyperventilation, the
heart rate increased from 66 to 96 beats per
minute. Needle EMG showed no abnor-
mality. The conduction velocity of the pos-
terior tibial nerve and the sural nerve was 43
and 44 ms, respectively. The distal motor
latency of the right posterior tibial nerve was
5-1 ms with the amplitude of the evoked
EMG being 5 mV. Neither H-reflex nor T-
reflex could be elicited in the gastrocnemius
muscles.
The diagnosis of Holmes-Adie syndrome

was made based on the presence of a tonic
pupil associated with overactive response to
methacholine and the absence of ankle jerks
which was proved by H-reflex study. There
were at least two more features in the present
case: orthostatic hypotension and a unique
syndrome consisting of gustatory sensation
elicited by pressure applied to the carotid
sinus ofthe same side. Johnson et al' reported
two patients with Holmes-Adie syndrome
accompanied by orthostatic hypotension.
Their cases were found to have afferent block
from baroreceptors in contrast to the efferent
autonomic block found in most other cases of
idiopathic orthostatic hypotension. In our
case, it is less likely that the orthostatic
hypotension was due to the afferent baro-
receptor block because the heart rate respon-
ded normally to the carotid massage.
The most unusual feature in our case was

the "metallic" taste sensation elicited in the
left posterior part of the tongue by pressing
the anterior neck on the same side. To our
knowledge this phenomenon has not been
described previously. The gustatory sensa-
tion elicited by the carotid pressure can be
best explained by postulating a misconnec-
tion, within the glossopharyngeal nerve, of
the afferent impulses from carotid barorecep-
tors with the sensory impulse from taste
fibres originating from the posterior third of
the tongue. This condition may be called
"carotid gustatory syndrome". Pathogenesis
ofHolmes-Adie syndrome varies from case to
case, and it may be associated with collagen
disease, especially systemic lupus ery-
thematosus. In our case, however, we could
not demonstrate any underlying cause. In
view of the association with orthostatic
hypotension and unilateral glossopharyngeal
neuropathy, it is most likely to be a part of
systemic poly- and multiple neuropathy
involving autonomic and somatic peripheral
nervous systems.
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The relationship of memory and
cognition in Parkinson's disease to
lateralisation ofmotor symptoms

A recent report' indicated that Parkinson's
disease (PD) patients with greater
involvement on the left body side were more
impaired than right body patients in memory,
visuospatial performance, language and men-
tal control. A question was later raised as to
whether this was due to actual lateralised
differences or more a function of severity of
disease and disability.2 In view of the
apparent contradiction we explored other
possible left-right hemisphere differences in
psychological functions in the hemi-Parkin-
sonian patients to determine further the role
of symptom severity and disability in such
differences.

Fifty three consecutively tested patients
with idiopathic PD served as the pool of
subjects. All were outpatients receiving
Sinemet treatment and almost half were
receiving Symmetrel as well. The mean age of
the group was 68 years (range 41-83). There
were 21 females and 32 males. Mean length of
formal education was 12 3 years (range 5 to 20
years). Mean length of illness was 12 years,
five months (range three months to 57 years).
Pattern and degree of symptoms and func-
tional status varied widely. To secure other
pertinent data, charts were reviewed for
marital status, age, education, sex, length of
illness and age at onset of illness. Dosage and
time on medication for Sinemet and Sym-
metrel were also tabulated. For symptom and
disability factors, clinical ratings were avail-
able for tremor, rigidity, alternating move-
ments, bradykinesia and functional activities.

It was then determined which side of the
body showed greater involvement by
totalling the ratings for tremor, rigidity and
alternating movement impairment for each
side. If the total score was one rating point or
more different between sides, the side with
the higher score was deemed primarily
involved. On this basis, 15 left side and 10
right side dominant patients were identified.
For the left side dominant group the total
ratings ranged from 0 to 8 (L mean = 5 9; R
mean = 3-0, t < 0 01). For the right side
dominant group they ranged from 0 to 7 (L
mean = 22; R mean = 49, t < 001). The
groups are significantly different for the side
of the body most affected.
To determine the total symptom severity

for each patient, ratings of bradykinesia and
impaired function were added to those of
tremor and rigidity.
A modification of the Randt Memory Test3

was used to evaluate memory functions.
Several aspects of episodic memory were
evaluated, including rote, associative, dis-
course and visual recognition. The modules
used were general information, recall of five
items, recall of a short story and recall of
drawings of everyday objects. Cognitive
functions were assessed by administration of
the following subtests of the Wechsler Adult
Intelligence Scale-Revised:4 Information,
Digit Span, Vocabulary, Similarities, Picture
Completion, Block Design and the Digit
Symbol. The battery includes both verbal
and non-verbal tests. Prorated Verbal and
Performance IQ scores were also derived.
The left and right side dominant groups

did not differ for age, age at onset, sex, length
of illness, education, or length of time on and
dosage of medication. They did not differ in
total tremor, rigidity or alternative movement
impairment, but did differ significantly in
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