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A rare case of recurrent primary spinal

echinococcosis
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ABSTRACT

Spinal hydatid disease, though rare, is one of the differential diagnosis of spinal cord compression syndrome especially
in endemic areas. Surgery is the treatment of choice but surgery alone is not curative. Adjuvant drug therapy as well as
intraoperative prophylaxis are indicated. Despite all measures, the disease has high recurrence rates and overall outcome
is still poor. We report a case of 65 year old male with lumbosacral hydatidosis recurring after 13 years.
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Introduction

Spinal hydatidosis is rare, affecting the vertebral column
in 0.2-1% of all patients of which spine is involved in
approximately 45% of cases.[? Vertebral hydatidosis
commonly involves the thoracic vertebrae and the cervical,
lumbar vertebrae, and sacrum are rare sites to be involved.?*!
Surgery is the treatment of choice however recurrence rates
are high.

Case Presentation

We report a 65 year old man who presented to us with
complaints of low backache radiating to left hip for 3 years
and urge incontinence for 20 days. Patient had underwent
laminectomy with excision of hydatid cysts 13 years back
[Figure 1]. Postoperatively patient had received albendazole
therapy. On examination, all forms of sensations were decreased
bilaterally and symmetrically in the saddle distribution. Motor
deficit was not marked but ankle reflex was absent on both sides.
Local examination revealed midline scar in lumbosacral region
with prominent left paraspinal area. Total blood cell counts,
erythrocyte sedimentation rate (ESR), complete biochemical
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serum, and urine parameters, coagulation tests, ultrasonography
abdomen and chest radiograph were within normal ranges.
ELISA for Echinococcus granulosus was positive. MRI revealed
multiple loculated cystic swelling in left paraspinal area with
extension into extradural space at S2 level causing thecal sac
compression [Figures 2 and 3]. Patient was put on albendazole
preoperatively and underwent re-exploration with excision of
multiple hydatid cysts in lumbosacral spine [Figures 4 and 5].
Histopathological examinations confirmed hydatidosis.
Postoperatively patient was put on combination therapy of
albendazole and praziquantel. Patient recovered uneventfully
with good bladder control and without new deficits.

Discussion

Hydatid disease of the spine is a rare form of parasitic infection,
commonly observed in Mediterranean areas, such as North
Aftica, Spain, Greece, Turkey, Portugal, Middle East, Australia,
New Zealand, South America, Baltic areas, the Philippines,
Northern China and the Indian sub-continent.’®” The vertebral

Figure 1: Hydatid cyst in sacrum (13 years back)
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Figure 2: Recurrence after 13 years, multiple hydatid cysts causing
compression of cauda equina

Figure 4: Cyst being removed

column is involved in 0.2-1% of all patients, of which spine
is involved in approximately 45% of cases.? The thoracic
vertebrae are commonly involved and the involvement of
cervical, lumbar vertebrae, and sacrum is rare.”* However, it
remains controversial as to which region is more commonly
involved. Spinal hydatid disease causes symptoms and signs
related to compression of the cysts on other structures, no
specific pathognomonic symptoms or signs exist.”®! Usual
presentation is radiculopathy, myelopathy, and/or local pain
owing to bony destructive lesions, pathological fracture,
and consequent cord compression.”! Hydatid cysts of the
sacrum are characterized by chronicity without any clinical
manifestation and usually misdiagnosed in the early stage,
resulting in significant loss of bone and destruction of
surrounding tissue.” Sometimes the spinal hydatid cysts
can grow to enormous size and remain asymptomatic for
years.!! Routine laboratory tests do not show specific values.
Eosinophilia is mostly limited (<15%) or absent. In spinal
involvement, the serological sensitivity of antigens is 25%.""

Figure 3: Saggital view

Figure 5: Removed cysts

Magnetic resonance imaging (MRI) is the preferred imaging
modality in the diagnosis of hydatid cysts. Some imaging
characteristics have been described as typical of spinal hydatid
disease. These include lack of osteoporosis and sclerosis
in host bone, absence of damage to the disk spaces, and
vertebral bodies and spread of the disease via a subperiosteal
and subligamentous path,!'!! paraspinal extension, and,
particularly, involvement of a contiguous rib.'!l Although
CT allows precise assessment of osseous lesions and clearly
depicts hydatid cyst calcification, MR imaging is superior in
demonstrating involvement of neural structures. Hydatid
cysts have an almost unique appearance on MRL['? They
have a sausage-like shape with two dome-shaped ends and
no debris in the lumen. Occasionally they are spherical. Their
walls are very thin and regular with no septation. Extradurally
they are always multiple and involve the bone. Intradurally
they may be single or multiple. On T1-weighted images, the
cyst wall may be isointense or give slightly lower signal
than its contents, and T2-weighted images demonstrates a
low-intensity rim surrounding the homogeneous high-signal
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cyst content. The cyst wall demonstrates the slight contrast
enhancement.!"” Braithwaite and Lees have classified this
disease into 5 types:!"! 1) primary intramedullary hydatid
cyst; 2) intradural extramedullary hydatid cyst; 3) extradural
intraspinal hydatid cyst; 4) hydatid disease of the vertebrae;
and 5) paraspinal hydatid disease. The treatment of choice is
surgical excision for neural decompression, and establishing
diagnosis.® Albendazole is the preferred antihelminthic
agent in the treatment of hydatid disease; preoperative use
of albendazole in echinococcus infestations reduces risk of
recurrence, and/or facilitates surgery by reducing intracystic
pressure,’* but the duration of treatment is controversial.'*
Despite optimal and medical therapy, recurrence rate is high
and thus repeat surgeries are generally needed." Overall
recurrence rate of 30-40%""® and a 50% recurrence rate after
posterior decompression alone are reported.®!

Conclusion

Spinal echinococcosis is one of the differential diagnosis of
spinal cord compression syndrome especially in endemic
areas. Surgical decompression is the treatment of choice
but surgery alone is not curative. Adjuvant drug therapy as
well as intraoperative prophylaxis are indicated. Despite all
measures, the disease has high recurrence rates and leads
to progressive destruction of the vertebral column and
neurological deterioration. Inspite of aggressive surgical and
medical treatment overall outcome is still poor.
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