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Occasionally the onset of the neuralgia is delayed because of
temporary nerve block.

Disturbance of equilibrium was first noted by Magnus in
1924,3 and it is now thought that this is due to dysfunction of
nerve fibres conveying afferent impulses from the muscle recep-
tors in the neck to the vestibular nuclei. This is supported by
Jongkees, who found that intradural section of the second and
third cervical nerves led to immediate and severe vertigo.4
The diagnosis of second cervical nerve neuropathy should be

straightforward if the variable nature of the sensory aberrations
is borne in mind. In practice the diagnosis is often missed and
indeed may be difficult in the presence of multiple injuries to the
cervical spine. The differential diagnosis includes post-traumatic
migraine and cluster headaches.5 In patients who have cervical
spondylosis it is possible that less severe trauma may precipitate
a neuropathy. Diagnosis and management may well be difficult
when a patient seeks legal compensation for persistent symptoms.

In practice the diagnosis of second cervical neuropathy should
be considered in any patient complaining of post-traumatic
headache. A meticulous sensory examination of the scalp should
be carried out in all such patients. The natural history of the
condition is for most patients to recover spontaneously within
one to three years. Surgery is seldom, if ever, indicated.
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SHORT REPORTS

Lymphomatoid granulomatosis in
a 10 year old boy

Lymphomatoid granulomatosis was first described in 1972.' It is a
form of angiitis and granulomatosis, which predominantly affects
lungs, skin, nervous system, and kidney. The condition has been
reported with increasing frequency in the United States and Australia
but has not been reported in Britain. It most commonly presents as a
diffuse pulmonary infiltrate in middle age. We describe a case in a
young boy.

Case report

A 10 year old boy presented in July 1981 with a productive cough, fever,
night sweats, and lethargy. He had had asthma since the age of 4, which
was well controlled with disodium cromoglycate and salbutamol. His
condition deteriorated despite treatment with cephalothin and he developed
respiratory failure with cyanosis, dyspnoea, intercostal and subcostal
recession, and crepitations throughout both lungs. Liver and spleen were
enlarged and palpable. A radiograph of the chest showed bilateral dense
shadows (see figure). Results of investigations were: haemoglobin concentra-
tion 13-4 g/dl, white cell count 4*8X 106/1 (neutrophils 87%, lymphocytes
100%), erythrocyte sedimentation rate 9 mm in first hour, and serum IgM
concentration 0-2 g/l (normal range 0-54-1-98). All other tests were normal.
Haemophilus influenzae was isolated on one occasion from the sputum but
no other bacteria, fungi, or viruses were detected. Result of a tine test was
negative. There was an initial titre of 1/320 to adenovirus and this fell to 1/80.

Despite intensive treatment with antibiotics the patient continued to
deteriorate, and 14 days after admission he began mechanical ventilation
and an open lung biopsy was performed. No bacteria, viruses, or fungi
were grown and stains for Pneumocystis were negative. Macroscopically the
lung was nodular, and histologically there was a dense interstitial infiltrate
of lymphocytes, polymorphs, and histiocytes, these last showing pleo-
morphism and many mitoses. The cells invaded the walls of many small
arteries (figure) with consequent obliteration and areas of coagulative
necrosis and peripheral fibrosis. The appearances were suggestive of
lymphomatoid granulomatosis as described by Leibow et al.1 There was no
bronchial or bronchiolar abnormality as seen in most infective conditions,
and little intra-alveolar desquamation as seen in desquamative interstitial
pneumonia, alveolar proteinosis, or lipoid interstitial pneumonia. Treatment
was started with 60 mg prednisolone daily. He made a very rapid recovery
clinically, and the chest x ray picture returned to normal. His pulmonary
function was persistently abnormal, with forced expiratory volume in one
second (FEVy) 0-8 1 and forced vital capacity (FVC) 1-2 1 (predicted values
2-0 and 2-2 1, respectively). Two attempts at steroid withdrawal over the
subsequent months resulted in a return of respiratory insufficiency and
pulmonary infiltrates. When taking high doses of prednisone he became
hypertensive. An intravenous pyelogram was normal.

In May 1982 he developed bilateral, huge parotid swellings and right
facial palsy. There was no evidence of mumps and because of the persistence
of the swellings a biopsy specimen was taken. This showed an infiltrate of
lymphocytes and plasma cells with a disordered arrangement of salivary
gland ducts. Treatment with high dose prednisolone resulted in almost
complete disappearance of the swellings in 10 days. He had also had a skin
infiltrate behind both ears, which responded to steroids. In November 1982

there was no evidence of active disease and the chest x ray picture was
normal. Nevertheless, he was left with severe obstructive and restrictive
airways disease, being dyspnoeic on exercise and showing an FEV, of
0-55 1, FVC 0-98 1, and a single breath carbon monoxide transfer factor
(TLCO) of 3-6 mmol/min/kPa (10-7 ml/min/mm Hg). These values again
improved with 60 mg prednisolone daily to FEV, 0-95 1, FVC 1P35 1, and
TLco 4-3 mmol/min/kPa (12-8 ml/min/mm Hg). Serum IgM concentration
was normal on three occasions after diagnosis.

Comment

The clinical and histological features in this patient were compatible
with a diagnosis of lymphomatoid granulomatosis, although parotid

Chest radiograph on admission, and histological appearances of open lung
biopsy specimen two weeks later showing small pulmonary artery with
segmental infiltration by atypical lymphoid cells (haematoxylin and eosin
X 160, original magnification).
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swellings have not been reported. The condition is a multisystem
disease with a mortality rate of up to 63%, death being due to either
respiratory failure or the development of a malignant lymphoma.'
An immunological basis for the disease has been suggested because
of extensive immunological dysfunction found in a recent study of
six patients.3 The aetiology is unknown but, interestingly, although
the disease is often recognised in America, it has never been reported
in Britain. It is unlikely that it has been consistently mistaken for
some other infiltrative lung disease, such as Wegener's granulo-
matosis or histiocytosis X, but this is possible. The radiological
appearances are not diagnostic but the multisystem abnormalities and
histological appearances of the lung should enable the diagnosis to
be made. Steroid responsiveness appears to be a good prognostic
factor, and adding cyclophosphamide may be of benefit.4
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Fatal marrow aplasia associated
with non-A, non-B hepatitis
Aplastic anaemia is a rare, late complication of viral hepatitis. Over
200 cases have been reported, but only recently have the virological
studies been carefully documented. Hepatitis A and hepatitis B
viruses have been implicated, and two possible cases of non-A,
non-B hepatitis complicated by marrow aplasia have been reported.' 2
We report a case of hepatitis that was followed by fatal aplastic
anaemia; virological studies suggested that it was non-A, non-B
hepatitis.

Case report

A 15 year old schoolgirl was admitted to hospital with a two week history
of malaise and anorexia followed by deepening jaundice with the passage of
dark urine and pale stools. She had not been exposed to a jaundiced patient,
drugs, or other hepatotoxic agents. She had not been abroad, had had no
injections, and did not have tattoos, pierced ears, or any known source of
parenteral infection.

Examination showed her to be deeply jaundiced with no signs of chronic
liver disease. There was moderate smooth hepatomegaly, and the spleen
was just palpable. Biochemical investigation showed a serum aspartate
transaminase activity of 900 IU/1, a serum bilirubin concentration of
480 tsmol/l (28 mg/100 ml), but a normal alkaline phosphatase activity.
Haemoglobin concentration and white cell and platelet counts were normal.
Virological screening for all hepatitis A and B antigens and antibodies
yielded negative results on two occasions. Assay of paired sera for influenza
virus, cytomegalovirus, adenovirus, Coxiella burnetii, Mycoplasma pneu-
moniae, and Epstein-Barr virus showed no evidence of recent or past in-
fection by these agents. The subsequent clinical course showed a prolonged
cholestatic phase; results of liver function tests were normal after 12 weeks.
She resumed a normal life.
She was admitted to hospital five months after the onset of her illness

and eight weeks after the biochemical resolution of her hepatitis complaining
of tiredness, bruising, menorrhagia, and fainting. She had multiple petechiae
and bruises, and haematological investigation showed pancytopenia with
haemoglobin concentration 3-6 g/dl, corrected reticulocytes 0-5%' , leucocytes

0-8 X 109/1, neutrophils 0 4 X 109/1, and platelets 10 X 109/1 (figure). Aspiration
and trephine biopsy of marrow showed severe aplasia.

Urgent marrow transplantation was considered to be necessary, and she
was meanwhile given supportive treatment including norethisterone to
suppress periods, and minimal filtered red cells. No suitable family donor
was found, however, and while an unrelated donor was sought considerable
platelet support became necessary. A course of Merieux antilymphocyte
globulin had no influence on her progress but was associated with mild
serum sickness and transient convulsions. Methandienone (Dianabol) was
equally without good effect. An unrelated donor was eventually found
five months after presentation, but the patient died (from disseminated
aspergillosis) at the Hammersmith Hospital during the work up for trans-
plantation. A postmortem examination showed aplasia but no evidence of
chronic liver disease.
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Comment

There appears to be a group of patients with hepatitis who develop
marrow aplasia. In most cases viral studies have not been performed
and hepatitis A or B has been thought to be responsible on purely
epidemiological grounds,3 but in recent reports serological investi-
gations have provided confirmatory evidence.5 Indirect evidence is
that murine hepatitis virus injected into mice causes progressive
pancytopenia and that experimental administration of hepatitis A in
man causes transient leucopenia. Overall, marrow aplasia occurs in
01-02% of patients with hepatitis. Typically, the patient is young
(mean age 20), is male rather than female, and was previously fit and
healthy. The aplasia occurs a variable time after the onset of "clinical"
hepatitis (mean eight weeks) and has a poor prognosis, with an overall
mortality of about 85%°'. Marrow transplantation from histocom-
patible donors seems to be the treatment of choice,2 offering up to a
50°% chance of successful engraftment, although experience is limited
to fewer than 20 patients.

In our case the evidence for infection by non-A, non-B hepatitis
virus was indirect: there was no evidence of present or past infection
with hepatitis A or B virus, and infection by other agents that may
cause hepatitis was excluded, as was concomitant liver disease. With
no definitive serological test for the non-A, non-B virus this must
remain the accepted diagnostic method. A single case study cannot
confirm a causal relation, but the clinical picture and the similarity to
other reported cases suggests that non-A, non-B hepatitis is associated
with fatal marrow aplasia.
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