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CASE REPORT

in a Child

Primary Spinal Intradural Extramedullary Hydatid Cyst
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Abstract

Background/Objective: Spinal hydatid cyst is a serious form of hydatid disease affecting less than 1% of
the total cases of hydatid disease. We present a case of pathologically confirmed primary intradural spinal
cyst hydatid in an otherwise healthy patient who showed no other evidence of systemic hydatid cyst disease.

Case Report: An 8-year-old boy presented with back pain, left leg pain, and difficulty in walking. The
patient had no other signs of systemic hydatid cyst disease. An intradural extramedullary cystic lesion was
identified with magnetic resonance imaging and was shown to be a hydatid cyst by histopathologic
examination after the surgical removal.

Conclusion: Although extremely rare, primary intradural extramedullary hydatid cyst pathology might be

the cause of leg pain and gait disturbance in children living in endemic areas.
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INTRODUCTION

Cases of cystic hydatid disease are mostly found in areas
where dogs and livestock coexist. Adult worms mature in
the intestine of the dog, wolf, and other carnivorous
animals (definitive host), and the eggs are released in the
feces. Intermediate hosts such as sheep and cattle ingest
the eggs. Humans contract the disease by means of
contamination through the direct contact with the
definitive host or its feces or by ingesting food infected
with parasite eggs; oncospheres hatch in the duodenum,
which penetrate the intestine and are carried through the
bloodstream to various organs (1).

The metacestode cyst develops over a course of years
in the patient. Hydatid cysts are formed in the organs such
as liver (60-70%), lungs, and brain. Spinal hydatid cysts
account for 1% of all cases of hydatid disease (2—4).
Primary spinal intradural extramedullary hydatid cysts are
extremely rare (5-7). Disease usually spreads over the
spine by the direct extension from pulmonary, abdominal,
or pelvic infestation and most commonly affects the dorsal
region of the spine (7-9). To our knowledge, this is the first
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pediatric case among the 25 cases of primary intradural
extramedullary hydatid cyst reported in the literature.

CASE REPORT

An 8-year-old boy was admitted to our department with
pains in the back and left leg and disability in walking. He
had back pain for a month and complained about dif-
ficulty in walking and left leg pain for a week. His physical
examination was normal. However, neurologic examina-
tion revealed left leg monoparesis that was most
prominent proximally.

X-ray examinations of the chest and spine revealed
no abnormalities. Abdominal ultrasonography scans and
magnetic resonance images (MRIs) of the lumbar region
were normal. MRIs of the thoracic region showed a
lobulated 3 X T-cm cystic lesion with a regular contour.
The cyst was located in intradural extramedullary at the
T7-T8 level. The lesion was hypointense on T1- and
hyperintense on T2-weighted MRIs. With intravenous
gadolinium injection, there was no contrast enhance-
ment on TT-weighted images. The lesion was com-
pressed mediolaterally to the dural sac, especially at right
side at the T7-T8 level (Figures 1-3). Initially, the lesion
was regarded as a hydatid cyst. A hydatid cyst
hemagglutination test was positive (1/80).

The patient underwent T7-T8-T9 laminotomy. An
intradural extramedullary cystic lesion was removed
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Figure 1. Sagittal contrast-enhanced T1-weighted MRI
shows there is no contrast enhancement and cord is
compressed anteriorly.

totally with its capsule, and the cavity was irrigated with
hypertonic saline. Histopathologic examination revealed
a hydatid cyst (Figure 4). Albendazole treatment was
started in the early postoperative stage. The postopera-
tive stage was uneventful, and the patient has had no
other additional problems. The patient was discharged
on the seventh postoperative day. On his last neurologic
examination, left leg monoparesis was improved, and
eventually his back pain, left leg pain, and difficulty in
walking were improved. The neurologic examination at
the eighth month was normal, and pain symptoms
resolved completely. Neurologic examination was nor-
mal at the 12th month postoperatively. However, follow-
up MRIs showed a small relapse of the cystic lesion, which
was located intradural and extramedullary at the T7-T8
level (Figure 5).

DISCUSSION

Cystic hydatid disease is generally caused by an infection
by the tapeworm cestode Echinococcus granulosus and
mostly seen in areas where sheep and cattle are raised,
particularly in Mediterranean countries (3,6). Humans
can be infected by ingesting the eggs of the parasite.
Liver and lungs trap oncospheres that migrate from the
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Figure 2. Sagittal T2-weighted MRI shows spinal cystic
lesion that is almost isodense with cerebrospinal fluid,
causing intradural extension and spinal cord compres-
sion.

intestine to the portal circulation. Spinal hydatid cysts
account for 1% of all cases of hydatid disease (3,4).
Disease usually spreads over the spine by direct extension
from pulmonary, abdominal, or pelvic infestation and

Figure 3. T2-weighted axial MRI shows an intradural
extramedullary multiseptate cystic lesion.
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Figure 5. Long-term follow-up sagittal T1-weighted MRI
at 1 year shows a small relapse of cystic lesion, which is
located intradural and extramedullary at the T7-T8
level.
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most commonly affects the dorsal region of the spine (7-
9). Spinal hydatid cysts are located most commonly at
the thoracic (52%), followed by the lumbar (37%) and
then the cervical and sacral levels (2). Braithwaite and
Lees (10) classified spinal hydatid cysts into 5 radiologic
types: intramedullary, intradural-extramedullary, extra-
dural, hydatid cyst of vertebrae, and paravertebral lesions
extending to spinal structures.

Primary spinal intradural extramedullary cyst hydatid
is extremely rare (3,5-7). Spinal hydatid cyst is a serious
form of hydatid disease. In the most recent reviews by
Chakir et al (11), 23 cases of intradural spinal hydatid
cysts were recorded in the world literature. Recently,
Hilmani et al (12) published a case of intradural spinal
hydatid cyst. Moreover, recently, Kahilogullari et al (3)
also reported a case. All previously reported cases were in
adults. Recently, Karadereler et al (8) reported a case of
spinal hydatid seen in a child. Our case differs from these
cases in that the hydatid cyst was intradural and
extramedullary. To our knowledge, this is the first case
of primary intradural extramedullary hydatid cyst in a
child in the literature.

The symptoms of spinal hydatid disease are non-
pathognomonic, and symptoms are usually related to
compression of the spinal cord (3,13). Generally, the first
symptoms are back pain and radicular pain. Weakness of
the limbs occurs in the later phase of the disease, and
paraplegia is reported in 25% to 84% of cases (3).

Recurrence remains a major problem in spinal
hydatidosis; the literature cites rates of 30% to 100%.
Given this high rate of recurrence, spinal hydatidosis has
a poor prognosis and has been compared with spinal
malignancy (2). The poor prognosis may be related to
localization (intradurally vs extradurally) of the cyst
because of weak penetration of antihelmintic drug,
albendazole, metabolites into the intradural space by
passive diffusion transport mechanism (14).

In MRI examination, the appearance of a hydatid cyst
on the scan is quite characteristic; it has 2 dome-shaped
ends, yet has no debris in its lumen and looks like a
sausage. Cyst walls are very thin and regular and have no
septation (3). Serologic findings may help find the
diagnosis, but they are not reliable alone.

The choice of the treatment in spinal hydatid disease
has been surgery for nearly all cases. The preferred
operative procedure is usually laminectomy (15). The
total removal of the cysts without rupture should be the
aim of the operation. Irrigating the wound with
hypertonic saline or diluted Betadine solution after the
cyst removal helps destroy and disrupt the parasites (2).
In the early postoperative stage, adjuvant antihelmintic
drug therapy must be given. The appropriate duration of
antihelmintic therapy has not been established, but
studies show a mean recommended course duration of
3 to 4 months (2,15-18). There are no pathognomonic
signs or symptoms of spinal hydatid disease other than
the symptoms related to compression of the spinal cord.
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CONCLUSION

Although extremely rare, primary intradural extramedul-
lary hydatid cyst pathology was the documented cause of
leg pain and gait disturbance in this child. MRl is the best
imaging tool for diagnosis of spinal hydatid disease, and
the treatment of choice is surgery for nearly all cases.
High rate of recurrence is a major problem, and this issue
may decline with the aggressive resection of the cyst with
its capsule and the administration of antihelmintic drug
therapy.
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