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Case Report

Bone Hydatid Disease with Long Term Follow-Up: A Case Report
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Abstract

Introduction: Hydatid cysts of bones may develop in any part of the body, however, they are usually found in the liver and lungs.
The primary localization of the cysts in bone is not common.
Case Presentation: In this paper, we report the case of a 58-year-old man who was admitted complaining of leg pain. He had un-
dergone hydatid cyst surgery several times over the past years.
Conclusions: The patient had surgical removal of the hydatid cyst along with chemotherapy before and after surgery. The patient
did not report any problem in a two-year follow-up after his last surgery.
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1. Introduction

Human echinococcosis is a zoonotic infection caused
by larval cyst of the dog tapeworm Echinococcus granulo-
sus (E. granulosus), which mainly affects the liver and lungs.
The parasite appears in two forms, E. granulosus and E. mul-
tilocularis. The former often chooses humans, sheep, and
cattle as the intermediate host. A dog is the most com-
mon definitive host that transmits this larva to humans
through direct contact (1). In endemic areas such as the
Middle East, Central Asia, South America, East Africa, and
Turkey, hydatidosis is relatively common, particularly in
areas of poor hygiene (2). In 75% of all cases, larvae are
found in the liver and in 5% of cases, they reside in lungs,
with 10% of cases involving other organs. Bone hydatid dis-
ease is extremely rare, approximately in 0.5% to 2.5% of all
human hydatidosis (3). Tibia involvement is observed in
up to 10% of all bone cases. Due to its unusual presenta-
tion, its diagnosis may be easily missed, unless meticulous
attention is paid to its diagnosis (4). Although long term
survival is possible, the disease cannot be easily eradicated
and may be resistance to treatment (5). Since patients usu-
ally refer at an advanced stage of the disease, treatment is
difficult and recurrence is common (6). We report a case of
recurrent hydatidosis disease of the tibia in a 58-year-old
man with long term follow-up.

2. Case Presentation

We presented the case of a 58 year old man suffering
from pain in his left leg. In this case, he used to keep
animals such as sheeps and dogs at his house. In addi-
tion, two and six years ago, the results of radiography
had showed cystic lesions in the left tibia (Figures 1 and
2). He had two operations for treating hydatid disease
caused by Echinococcus granolosus. In another hospital, he
had been treated by adjuvant therapy with albendazole in
the same region. In that case, pathological results con-
firmed the hydatid cyst. Once again, he referred complain-
ing of leg pain and the X-ray of his paining leg showed
a lucent and multilocular lesion (Figure 3). The clinical
examination revealed a normal range of motion in both
knees without local swelling. In the primary evaluation
of the patient, white blood cell count (WBC), differential
count, and erythrocyte sedimentation rate (ESR) were nor-
mal. The patient’s lung and liver were also screened and his
abdominal ultrasonography and chest radiography were
normal. Chemotherapy with albendazole 400 mg (once a
day) was performed 4 weeks prior to the surgery. He under-
went surgery during which hydatid suspicious cysts were
found (It was fertile). Thus, curettage was administered
and the wound was cleaned with solution hydrogen prox-
ide (H2O2) to prevent the recurrence of the cyst (Figure 4).
One month after operation, chemotherapy with albenda-
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Figure 1. Antroposterior and lateral radiographies of left tibia showing cystic le-
sions taken six years ago

zole was prescribed. The patient recovered without any
side effect and was discharged three days after the opera-
tion. The patient did not report any major problem in a
two-year follow-up after the last surgery.

3. Discussion

Hydatidosis is an endemic disease in different parts of
the world. The most commonly affected organs in humans
are the liver and lungs. However, there are some rare cases
of bone hydatidosis that accounts for 0.5% to 2.5% of total
cases, as most larvae are trapped by the liver and lung upon
the release of embryo in the portal circulation. It com-
monly occurs in the spine (35%) and pelvis (21%), however,
long bone involvement of the femur (16%) and tibia (10%)
are less common (4). The skeletal infestation of E. granu-
losus cyst is caused by hematogenous seeding (7). The ini-
tial location of the lesion in long bones is metaphysical or
epiphysis, and it may later extend to the diaphysis (8). Di-
agnosing hydatid bone disease is more challenging as it is

Figure 2. Antroposterior and lateral radiographies of left tibia showing cystic le-
sions taken two years ago

Figure 3. Antroposterior and lateral radiographies of left tibia showing cystic le-
sions taken three months before the last surgery

usually detected at an advanced stage intraoperatively (4),
as in the present case. Hydatid disease of bone usually re-
mains asymptomatic over a long period, and it is usually
detected after a pathological fracture, secondary infection,

2 Arch Clin Infect Dis. 2018; 13(6):e57823.

http://archcid.com


Abedi M et al.

Figure 4. Intramedullary tibia cavity after curettage of the cyst and cleaning with
H2O2

or the onset of compressive symptoms on adjacent soft tis-
sues (5).

Preoperative diagnosis is primarily made by studying
images like X-ray, computed tomography (CT) scans, and
magnetic resonance imaging (MRI) (4). Hydatid bone dis-
ease should be considered in the differential diagnosis of
osteolytic lesions, especially in endemic areas. These in-
clude chronic osteomyelitis, fibrous dysplasia of bone, os-
teosarcoma, and benign cystic lesions. The periosteal reac-
tion, osteosclerosis, and calcification are not specific to hy-
datid diseases of bones (8). The sero-diagnosis (ELISA and
western blot) confirms the diagnosis compared to other
cystic locations (liver, lung) where serology can be nega-
tive. The principal factor associated with positive serology
is the presence or absence of complications (rupture and
infection/abscess) caused by the release of parasite anti-
gens (9). Bony hydatid lesions are associated with a 50%
rate of local recurrence (10). The recurrence rate is also
significant in extraosseous hydatid disease. Haralabidis et
al. reported a relapse rate of 11.4% after surgical excision
in a group of 70 patients, with recurrences mostly occur-
ring within the first 6 months after chemotherapy. They
also reported that after 8.5 years of follow-up, all patients
were healthy without any sign of the disease. The recom-
mended treatment for hydatid cysts is a radical surgical ex-
cision combined with adjuvant preoperative and postop-
erative chemotherapy to prevent recurrence (2). Albenda-
zole and mebendazole are two most commonly used anti-
helminthic drugs. Studies have shown that prolonged al-
bendazole treatment is a safe and effective alternative in
late recurrences after bone hydatidosis surgery (1). In our
case, we continued oral albendazol (400 mg daily) after the
last surgery. This case clearly illustrates the severity and dif-

ficulties associated with the treatment of bone hydatido-
sis.

3.1. Conclusion

Hydatid disease of bone is a rare disease in the world
and osseous hydatidosis represents a highly serious para-
sitic disease that requires radical surgical excision. There-
fore, orthopedic surgeons should be aware of this disease
in their diagnosis. The prevention of osseoushy datidosis
requires systematic prescription of albendazole both pre-
operatively and postoperatively, particularly when sever-
alcysts are removed. It is worth noting that a long term
follow-up is required in all cases.
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