Brief Communication

Communication abrégée

Cervical intramedullary tuberculoma
and tuberculous kyphosis in a 23-month-old
child: case report

Jeffery Pike, MD;" Paul Steinbok, MB BS; T+ Christopher W. Reilly, MD™*

1 l yeobacterium tuberculosis is a seri-

ous pathogen in many parts of the
world being increasingly responsible for
disease.'? Worldwide 7-10 million peo-
ple have tuberculosis; in 1995 in the
United States 22 201 new cases were re-
ported.? Neurotuberculosis accounts for
about 5% of extrapulmonary cases of tu-
berculosis.” It is a result of the bacteremic
stage of the disease, during which tuber-
culous lesions (Rich’s foci) may form in
the meninges or within the substance of
the brain or spinal cord, or both.?
Months or years later, these foci may
rupture into the cerebrospinal fluid, caus-
ing meningitis, or expand into a tubercu-
loma within the parenchyma of the brain
or spinal cord, causing focal neurologic
signs. The most common manifestations
of tuberculosis in the central nervous
system are tuberculous meningitis and
intracranial tuberculoma. Tuberculous
meningitis is more common than in-
tracranial tuberculoma,* more frequent in
children than adults® and is often found
in patients of low socioeconomic status.
The majority of spinal cord disease,
however, is secondary to tuberculous
spondylitis (Pott’s discase), causing verte-
bral body destruction and spinal cord
compression,” and accounting for
50%-60% of osscous tuberculosis.® The
usual sites of involvement are the thora-
columbar and lower thoracic spine, with
infection seeding the metaphysis of a
single vertebral body, spreading under

the anterior longitudinal ligament and
causing osseous destruction or abscess
formation.” Ensuing osseous destruction
may lead to anterior vertebral collapse
and kyphosis.

Intramedullary tuberculoma of the
spine is a rare manifestation of dissemi-
nated hematogenous tuberculosis. Ap-
proximately 180 cases of intramedullary
tuberculoma have been reported in the
world literature, with most recent case
reports from developing countries and
HIV-positive populations.''*2

We report a case of intramedullary tu-
berculoma in a young child. Signed in-
formed consent was obtained. The
child’s chart and imaging studies were
reviewed.

Case report

A 23-month-old boy from a small town
in the interior of British Columbia had a
seizure at 3 months of age, requiring
admission to hospital followed by anti-
seizure medication until he was 15
months old.

Three months before presentation he
had a tender left-sided neck mass with
associated fever and anorexia but no
rigors, night sweats or weight loss.
Broad-spectrum antibiotic treatment
(14-day course) alleviated the fever and
reduced the size of the neck mass.

Two months later, the left-sided neck
mass again became tender and increased

in size. The mass did not regress despite
another course of broad-spectrum antibi-
otics. Although the boy had anorexia ini-
tially he again had no fever, rigors, night
sweats or weight loss. His mother re-
ported an asymmetrical gait and apparent
pain in his left arm. Her pregnancy had
been complicated by pyelonephritis
treated with antibiotics intravenously but
was otherwise normal. The boy’s ante-
natal, perinatal and neonatal courses had
been unremarkable. His immunizations
were up-to-date, and development was
appropriate for his age.

On examination, he was pale but
alert, active and afebrile. Findings on
neurologic examination were normal.
Head and neck examination revealed a 4
x 3-cm submandibular mass that was
nontender, fixed and firm. No other lym-
phadenopathies were identified. Muscu-
loskeletal examination showed marked
lower thoracic kyphosis with no other
abnormalities. Results of respiratory,
abdominal and dermatologic examina-
tions were normal.

Initial laboratory investigations
demonstrated only iron-deficiency ane-
mia. Mantoux skin testing for tuberculo-
sis exposure was positive within 48
hours. Culture of a gastric aspirate was
positive for Mycobacterinm tuberculosis,
and cervical mass biopsy showed necro-
tizing granuloma with no organisms seen
on Gram’s staining.

Plain radiography showed anterior
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collapse of vertebral bodies T10 and T11
with focal gibbous formation and a large
paravertebral mass (Fig. 1). Chest radiog-
raphy demonstrated a density in the left
upper lobe with ipsilateral hilar adenopa-
thy.

CT of the thoracic spine showed clas-
sic tuberculous spondylitis involving the
T10 and TI11 vertebrae with a large
paravertebral mass measuring 5 cm in
diameter (Fig. 2). It displaced the aorta
anteriorly and narrowed the spinal canal
by 50%. Chest CT showed a dense
parenchymal mass in the left lower lobe
with evidence of calcification and nodal
mass lesions in the left hilar region.

FIG. 1. Anteroposterior (left) and lateral (right) radiographs demonstrate focal gib-
bous formation and a large paravertabral mass.
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MR images of the spine, spinal cord
and head were obtained. The vertebral
bodies were destroyed at T10 and T11,
with a large associated rim-enhancing par-
avertebral lesion (Fig. 3). Although the
T9-10 disc showed signal change suggest-
ing disease involvement, the T11-12 disc
was intact. In addition, there was diffuse
cord swelling between C5 and C7. The
transverse 7;-weighted images following
gadolinium contrast enhancement showed
a 1-cm rim-enhancing lesion with central
nonenhancing necrosis occupying the
right side of the cord at C5-C7 (Fig. 3).

Gadolinium-enhanced images of the
head showed multiple echogenic enhanc-

ing intracerebral lesions. Most of these
were at the grey—white interface. The
scrofulous cervical node was also identi-
fied with multiple low-density centres
suggesting necrosis.

Triple antituberculous therapy was
initiated with daily oral administration of
isoniazid 51 mg, rifampicin 200 mg and
pyrazinamide 400 mg. The ongoing con-
cern at this point was the status of the
boy’s tuberculous spondylitis and subse-
quent risk of progressive kyphosis. He
was fitted with a spinal brace. He was ad-
mitted to a step-down unit because of
concerns regarding brace compliance and
completion of medical therapy. Surgical
stabilization was recommended 6 weeks
later when clinical examination and re-
peat radiographs demonstrated progres-
sion of the kyphosis. He underwent ante-
rior spinal débridement and vascularized
rib placement with posterior spinal in-
strumentation and fusion. A fibrocarti-
laginous mass had destroyed and re-
placed the vertebral bodies of T10 and
T11. This was resected. The spine was
grossly unstable both before and after re-
section and was acceptably reduced with
vascularized vertical rib struts. Posterior
fusion was completed with the use of
hook stabilization and the pediatric
Moss—Miami system. A stable configura-
tion was achieved. The boy was dis-
charged home 10 days later in a hip spica
brace.

Three months postoperatively, the
boy showed acceptable spinal alignment,
and his brace was converted to a thora-
columbosacral orthosis. Findings on neu-
rologic examination were normal. The
combination antituberculous therapy was
continued. Follow-up clinical examina-
tion at 6 months demonstrated normal
spinal alignment and radiographic evi-
dence of fusion. The boy was healthy and

FIG. 2. A CT scan demonstrates a signifi-
cant mass lesion with notable vertebral
destruction.



active. All bracing and restrictions were
discontinued. Follow-up MRI demon-
strated complete resolution of the cervi-
cal cord and brain lesions (Fig. 3).

Discussion

Tuberculosis is still a serious pathogen in
many parts of the world and is increas-
ingly responsible for disease as its inci-
dence rises with the HIV population.'?
The 22 201 new cases reported in the
United States in 1995 exceeded the pre-
vious years’ incidence.” Disseminated
tuberculosis in children is rare in Canada,
and potential sources must be consid-
ered. Further investigation of this child’s
history revealed that his neonatal care-
giver was a grandparent with a history of
tuberculosis.

This is a rare case of intramedullary
tuberculoma. The boy is the youngest pa-
tient with such a lesion to bedocumented
in the literature. In the absence of neuro-
logic deficits, the cervical intramedullary
tuberculoma was managed medically, in

Pediatric cervical intramedullary tuberculoma —

agreement with earlier literature.'**'* In
patients manifesting neurologic deficits, a
combination of surgical decompression
and medical therapy is indicated.'>* At 6
months’ follow-up from the initiation of
maximal medical therapy, our patient re-
mained neurologically intact.

MRI findings characteristic of in-
tramedullary tuberculoma have been de-
scribed.*?** The presumed cervical intra-
medullary tuberculoma in this case
demonstrated a 1-cm rim-enhancing le-
sion with a central nonenhancing area of
necrosis on transverse T,-weighted im-
ages. Based on the clinical presentation
and the classical appearance of this lesion,
biopsy was deemed unnecessary. The
gadolinium-enhanced images also showed
intracerebral lesions, presumed to be tu-
berculomas.

This case demonstrates that tubercu-
losis should be considered in the differ-
ential diagnosis of kyphosis in infants.
The clinical and radiodogic findings were
advanced, with severe vertebral destruc-
tion at 2 levels and a large intramedullary

FIG. 3. Sagittal MRI studies with gadolinium enhancemen. Pretreatment view (left)
shows the tuberculoma; on the postireatment view (right) there is almost complete
resolution of the lesion.

lesion. This suggests our patient had had
the disease for a long time, and we felt
his initial seizure may have been a pre-
sentation of cerebral involvement. The
use of anterior vertebrectomy and fusion
with vascularized rib placement plus pos-
terior fusion and instrumentation was
effective in this patient based on out-
come measures of spinal alignment and a
normal neurologic findings 5 months
postoperatively. Circumferential fusion
with anterior vascularized struts and pos-
terior instrumentation was undertaken to
provide rapid stability and prevent recur-
rent kyphosis. The risk of late kyphosis
was increased in this child because of the
marked anterior vertebral destruction,
noncompliance with brace wear and the
potential for future posterior growth.
Progressive kyphosis was noted in 46.4%
of patients treated with anterior decom-
pression and autologous rib grafts over a
10-year period in one series.”® In another
series structural support after anterior
arthodesis with rib grafting was attained
in 41%.” Alone, therefore, anterior arth-
odesis with rib grafting did not effectively
stabilize the spine in the majority of
cases. Posterior fusion in addition to an-
terior rib grafting has been effectively
adopted,””® and this case has shown that
circumferential fusion can be used suc-
cessfully in infants.
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