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ABSTRACT

Cystic echinococcosis most commonly involves liver, closely followed by the lungs. Extrahepatic
hydatidosis is a diagnostic and therapeutically challenging entity. We report three unusual cases of
extrahepatic hydatidosis involving different organs; which were diagnosed based on radiological,
histopathological or serological investigations. One case required surgical management in addition to
medical therapy whereas the other two were managed with albendazole alone. All cases showed
symptomatic improvement and significant radiological resolution of the disease.
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INTRODUCTION

Echinococcosis is manifestation of larval form of cestode of genus Echinococcus. Cystic echinococcus,
caused by Echinococcus granulosus, is the most common clinical form. It is acquired by ingestion of food
or water contaminated with parasite eggs, which convert into oncospheres and reaches various organs
through blood stream, most common organ involved being liver. Less frequently, it may involve other
organs as well,(Agudela Higuita et al, 2016). Extrahepatic hydatidosis poses diagnostic and therapeutic
challenges. We present three patients who had isolated involvement of lungs, spleen and bone.

CASE

Case 1

A 58-year-old male presented with complaints of pain around left hip joint with difficulty in
walking. On evaluation, he was found to have features suggestive of fracture of femoral neck
with limb shortening. X-ray pelvis was suggestive of multiple cysts in his left side iliac bone
with destruction of left hip joint and femoral neck (Figure la). He underwent surgical resection
for the same; biopsy was suggestive of cystic echinococcosis. He was started on albendazole.
However, he sustained a pathological fracture of the same side, for which he underwent surgery
twice. Albendazole was continued, to which he responded well as interval imaging (done after
one year) was suggestive of partial resolution of remaining lesions.

Case 2

A 57-year-old female presented with 8 months complaint of upper abdominal discomfort with
dragging sensation in left quadrant. On evaluation, ultrasonogram was suggestive of splenomegaly
with multiple cystic (unilocular) lesions (largest 3.4 cm x 3.8 cm). Echinococcal IgG based
serology was positive. She was started on albendazole therapy. Follow-up USG after 3 months
revealed regression in spleen size with resolution of lesions and most of them have calcified.
Case 3

A 17-year-old male presented with one-year history of low-grade fever with cough and mild
expectoration. On evaluation, he was found to have a well-defined, demarcated, radio-opaque
mass in left lower lobe on chest radiograph; i.e. features consistent with lung hydatid (Figure 1b)
CECT chest was done, which further supported the diagnosis. Echinococcal 1gG based serology
was negative. He was started on albendazole to which he responded well; there was regression
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of lesion on chest radiograph on follow up at three months and thereby, obviating the need for
surgery.

-

Figure 1a: Radiograph of pelvis showing multiple well-defined radiolucent areas in left hemi-pelvis
with destruction of left hip joint and femoral neck.

Figure 1b: Radiograph of chest showing a well-defined, round, radio-opaque lesion in the left lower
lobe consistent with hydatid cyst.

DISCUSSION

Cystic echinococcosis (CE) may disseminate through bloodstream to any site; whereas most
common site of involvement is liver (70%), it has been reported to involve other organ systems
including lungs, spleen, kidney, body cavities, bone etc. (Rao et al, 2012). Extrahepatic hydatids
may be associated with several complications. Our cases had single organ involvement i.e. lung,
spleen or bone. Familiarity with atypical manifestations of hydatid disease may be helpful in
making a prompt differential diagnosis and further work up and management. CE is diagnosed
based on combination of clinical features, imaging features and serology testing. Whereas
serological testing suffers from poor sensitivity; examination of the excised specimen remains the
gold standard for diagnosis. Our patients had nonspecific features and there was delay in
diagnosis due to late presentation. Echinococcus serology was positive only in one case; in
patient with bone involvement it was confirmed only on histopathological specimen.

A combination of preoperative albendazole therapy, surgery and postoperative albendazole therapy
is a useful regimen, given usually for a maximum duration of 6 months according to published
literature,(Adel et al, 2017; Velasco Tirado et al., 2018). However, management needs to be
individualized. We managed all our patients with albendazole (15mg/Kg/day) with excellent
response within 3 months of antiparasitic therapy obviating the need for surgery. All patients are
under follow up and doing well.
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Delay in diagnosis due to mild non-specific presentation, lack of rapid diagnostics, prolonged
medical therapy and often technically difficult surgeries pose challenges in management of this
complex disease. Our cases highlight that hydatid disease should be considered among the
differential diagnoses of wunusual cystic lesions to aid earlier diagnosis A multidisciplinary
management is of paramount importance to prevent complications in these patients. Long-term
follow-up should be performed for potential recurrence.
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