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ABSTRACT

Background: Primary hydatid disease in the muscle is extremely rare, resulting in
either the spread of cysts spontaneously or after operations for hydatidosis in distant
regions.

Methods: Report of an unusual case of primary hydatid cyst in the gluteus muscle,
behaving as enlarging soft-tissue tumour, with a review of the literature.

Results: Magnetic resonance imaging revealed an intramuscular cyst in the gluteus
muscle; and no cyst existed in any other location. The cyst was excised totally, and
the diagnosis of muscular cystic hydatidosis was confirmed by histopathologic
examination. In follow-up of two years after the operation, there has been no
recurrence in either patient.

Conclusion: The involvement of the gluteus maximus muscle without the evidence
of hepatic or pulmonary disease is rare, characterized by slow development, but a
major local extension must be considered in the differential diagnosis of a cystic mass
with well-defined margins in the extremities of individuals from endemic regions.
Physical examination, serology results and radiological findings should be interpreted
with care, especially in hydatid cyst endemic countries. Surgery is still the treatment
of choice, with total cyst excision.

INTRODUCTION

Human echinococcosis is a zoonotic disease, caused by ingestion of
ova of the cestode Echinococcus granulosus (Eg) and formation of the
larval stage in different organs and tissues. Cystic echinococcosis (CE)
has become an important burden on human population in endemic
area and no endemic countries, by infected people migration and
livestock exchange (1). CE is responsible for the loss of 1-3 million
disability-adjusted life years per annum and severe economic losses to
the livestock industry probably amounts to US$ 2 billion (2). Romania
was listed in 1995 among the countries with the highest prevalence of
CE worldwide. Nevertheless, latest study Heracles FP7 EU Project oct
2013 - sept 2018 confirm that CE has a prevalence of 0.41%000 in
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Romania (3). Molecular characterization belonged to
the G1-G3 complex (E. granulosus), which contains
the most widespread and infective strains of the
parasite, also a non-G1-G3 genotype of E.
granulosus, likelihood, a G7 genotype, which is often
found in pigs and dogs in most countries of eastern
and  south-eastern  Europe  (4).  Primary
musculoskeletal location hydatid cyst are rare: only 2
to 3%, possibly most affected sites are the neck, thigh
and the paravertebral region, the psoas muscle, the
thoracic wall muscles, sartorius, and quadriceps
muscles. On the gluteal region hydatid cyst are very
rare (5-19). Clinical, diagnosis and therapeutic
considerations are discussed.

CASE PRESENTATION

A 53 years old woman, seamstress in town, presents
to his primary care provider with a 6 months history
of lower back pain, stiffness. The pain was
intermittent, improves after rest without medication,
worse with activity and in the morning when
changing the position of the body from supine
position to orthostatism, at the effort of coughing,
sneezing, defecation, sometimes with right
irradiation on the back of the buttocks, thighs, left
calves to the heels; but she was able to lean forward.
Also, the patient has been reporting for about 4
months a painful mass installed insidiously at the
right gluteal region, firm consistency, normal skin,
which has progressively increased in the last 2 weeks
before admission. She does not have any known
chronic medical conditions, also she has never
smoked, but she does drink an occasional glass of
wine with dinner. No significant family history of
disease is reported. She has not noted any other
masses on his body with self-examination, no history
of rash, fever, malaise, anorexia, no weight loss,
neither she nor other family members came in
contact with pets.

Upon physical examination, this patient has a
blood pressure of 131/75 mm Hg and a heart rate of
65 beats/min. His respiratory rate is 7 breaths/min
and his temperature is normal at 98°F (36.7°C). His
cardiovascular and respiratory findings are normal;
specifically, no murmurs or rubs are detected. The
patient has no photophobia, eye redness, or
decreased visual acuity. Upon examination of the
back, flexion of the lumbar spine is possible, without
limited range of motion with rotation and lateral
flexion at the lumbar spine. The right buttock is

painful to the touch. On clinical examination we
found a painful mass in the posterior lateral region
of the upper third of the right thigh, with normal
looking skin on top, of firm consistency, 30 cm long
axis, 18 transversal axis, fixed to muscle with no
evidence of local inflammation. No motor, sensitive
deficit or abnormal hip mobility were encountered.
The remainder of the physical examination is within
normal limits.

The biological assessment was unremarkable: it
reveals a white blood cell count of 4.6 x 103 cells/pL
(reference range, 4.5-11 x 103 cells/yL), a
hemoglobin level of 13.7 g/dL (reference range, 13.5-
17.5 g/dL), a hematocrit of 43% (reference range,
41% to 50%), eosinophilic count of 2.8 (reference
range, 0.8-8.1 %), a platelet count of 120 x 103
cells/puL (reference range, 150-450 x 103 cells/pL);
electrolyte values are within normal limits, only the
erythrocyte sedimentation rate was 35 mm/hr
(reference range, < 10 mm/h). The diagnosis was
made by lumbar and pelvic magnetic resonance
(MRI) which brought into evidence of lumbar disc
protrusions at L2-L5, without root conflict, lumbar
vertebral marginal osteophytes; multiple cystic
formations, single or partitioned cysts, on the
posterior and lateral surfaces of the root of the right
thigh and the gluteal region, mainly occupying the
gluteus maximus and sub- aponeurotic fat. They had
a thin wall in enhanced T2 hypo-intense after
injection of gadolinium with variable signal fluid
content, the largest measured 13 x 12 cm (Fig.1).



Figure 1. Primary, multiple hydatid cysts of the right gluteal
region MRI, enhanced T2 hypo-intense after injection of
gadolinium: A axial section, B & C coronal sections.

Giant, primary, hydatid cyst of the gluteal region

A total resection under general anesthesia was
performed by an extended posterior lateral
approach of the thigh. Intraoperative finding
highlighted a very thick hydatid pericyst with tight
adhesion to the gluteus maximus muscle bundles,
composed of inflammatory tissue, the hydatid
exocyst and the hydatid endocyst with irregularly
shaped daughter cysts of different sizes and hydatid
fluid. Despite our anatomical exposure and delicate
dissection of the cyst, a minimal breach with hydatid
fluid exteriorization was found. The cyst content was
appropriately evacuated and the surgical field was
soaked with hypertonic saline (Figure 2).

A B C

Figure 2. Intraoperative pictures: A. General aspect of the hydatid cyst during dissection, B&C several irregularly shaped daughter
cysts of different sizes, D the hydatid exocyst, E thick hydatid pericyst with tight adhesion to the gluteus maximus muscle bundles

completely dissected.

Figure 3. The histopathologic examination in our case:

AH.E col. obj. 20 X 10, a. the inner germinal layer, b. protoscolices, c. the middle-laminated membrane;
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B H.E col. obj. 20 X 20, a. protoscolices, b. the inner germinal layer, c. the middle-laminated membrane;
C H.E col. obj. 20 X 20, a. the middle-laminated membrane, b. the inner germinal layer, c. daughter vesicle, attached by a pedicle to

the germinal layer;

D H.E col. obj. 20 X 10, a. the middle-laminated membrane, b. the inner germinal layer.

The serology was positive for E.g., and the extension
assessment: cerebral MRI, pulmonary and
abdominal CT were normal.

The histopathologic examination (Figure 3)
confirmed the diagnosis of hydatid cyst.

RESULTS

The post-operative evolution was uneventful. The
patient had completed a chemotherapy with an anti-
helminthic agent Albendazole (Zentel) 15 mg / kg
/day, for the next 3 months postoperatively; 6
months after, there was no evidence of recurrence
or complications.

DiscussiON

Hydatid cysts result from infection by the
Echinococcus tapeworm species and can result in
cyst formation anywhere in the body. Typically, the
primary cyst locations hydatid are the liver and lungs.
This can be explained by the significant
vascularization of these structures that can be filters.
Rarely, the hydatid cyst occurs at the musculoskeletal
tissues, with slow and relatively asymptomatic
evolution, without hepatic involvement, as in our
case. Primary hydatid disease in the muscle is
extremely rare, resulting either from the spread of
cysts spontaneously or after operations for
hydatidosis in distant regions.The most reported
sites are the neck, thigh and the paravertebral
region, very rare at the gluteal region (5-7)(10-20).

In general recognition of hydatid disease is
possible, sometimes even when serologic tests had
been non-conclusive (9). In endemic areas the
etiological diagnosis of the cyst can be difficult in
some cases. Accurate diagnosis could be made using
pelvic radiograph, the USG exam, the first-line
radiological examination - in our case could have
highlighted multiple hydatid cysts, within the stage 2
- septated cystic lesion and stage 3 - cystic lesion with
the daughter lesion, see the Gharbi ultrasound
classification (9). CT scan rarely shows typical
characteristics of the hydatid cyst, possible wall
calcifications, other hydatid cyst localizations and
MRI - the reference examination as in our case is
useful, especially in the case of giant cysts, assessing
the size of the mass, relationships with neighboring

tissues and nervous and vascular structures (8),
recognizing complications (e.g., rupture, infection of
cysts)(6), correlated to macroscopic and microscopic
pathology (20). Also MRI should be considered for
differential diagnosis between slow-growing tumors,
hematomas, myositis, and abscesses (19). Total cyst
excision is the primary treatment method, avoiding
in suspected hydatid cysts biopsy and aspiration to
prevent rupture and spread (8)(14)(20). In case of the
hydatid cyst rupture hypertonic saline irrigation of
the surgical field is the best method to prevent
recurrences by antigens spreads to the muscles,
inflammatory reaction complicated by a secondary
bacterial infection (6)(20). As a particularity of the
presented case there was a concomitant lesion
generated by lumbar protrusions with right root
irritation phenomena and buttock hydatid cyst.

CONCLUSIONS

The involvement of the gluteus maximus muscle
without the evidence of hepatic or pulmonary
disease is quite rare, characterized by a slow
development, but a major local extension must be
considered in the differential diagnosis of a cystic
mass with well-defined margins in the extremities of
individuals from endemic regions. Physical
examination, serology results and radiological
findings should be interpreted with care, especially
in endemic areas. Surgery is still the treatment of
choice, with total cyst excision, followed by
chemotherapy with an anti-helminthic agent.

ABBREVIATIONS

echinococcus granulosus (Eg)
cystic echinococcosis (CE)
ultrasonography (USG)
tomograph computer (CT)
magnetic nuclear resonance (MRI)
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