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Bu makalenin amaci, Echinococcus granulosus'un neden oldugu zoonotik bir hastalik olan kist hidatik hakkinda kapsamli bir yaklasim
sunmaktir. Parazit, yasam dongiisiinii kdpeklerde ve koyunlarda siirdiiriir; insan enfeksiyonu ise bu hayvanlarla asir1 temas veya onlarin
diskilartyla bulasmus yiyecek veya suyun tiiketilmesi sonucunda gergeklesir. 1zole miiskiiler kist vakalarinda negatif serolojik test
sonuglart miimkiindiir ve tanida dikkatli olunmas1 gerekir. Endemik bolgelerdeki kistik lezyonlardan ve tipik goriintiileme 6zelliklerin-
den siiphelenilmelidir. Invaziv prosediirlerden kagmmak parazit yayilimmi énlemek igin hayati 6 neme sahiptir. Klasik goriintiileme
bulgular1 ile endemik bolgeler arasindaki baglanti, herhangi bir kistik lezyonun bu hastaligin varlig1 agisindan potansiyel bir tehlike
isareti haline gelmesi demektir. Bu makalede biri sakral paravertebral bolgede, digeri gluteus maximus kasinda olmak tizere sporadik
durumlar olan iki primer hidatik kist olgusu sunulmaktadir.
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ABSTRACT

The aim of this article is to provide a comprehensive approach to hydatid cyst, a zoonotic disease caused by Echinococcus granulosus.
The parasite maintains its life cycle primarily in dogs and sheep; human infection occurs through excessive contact with these animals
or the consumption of food or water contaminated with their feces. In isolated muscular cyst cases, negative serological test results are
possible, requiring careful attention during diagnosis. Cystic lesions in endemic regions and typical imaging features should raise
suspicion. Avoiding invasive procedures is vital to prevent the spread of the parasite. The association between classical imaging find-
ings and endemic regions suggests that any cystic lesion may be a potential indicator of this disease. In this article, two sporadic cases
of primary hydatid cysts are presented-one located in the sacral paravertebral region and the other in the gluteus maximus muscle.
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INTRODUCTION

Hydatid disease is a parasitic zoonosis primarily observed
in regions where animal husbandry is prevalent. The most
common causative agent of hydatid cysts is Echinococcus
granulosus, while Echinococcus alveolaris is a less com-
mon etiological agent.! Hydatid cysts are caused by the
parasitic tapeworm Echinococcus granulosus. Dogs,
sheep, and cattle are the primary hosts; humans are merely
incidental intermediate hosts.>* This disease is more com-
mon in Africa, Europe, the Middle East, Central and South
America, Australia, and Russia.>® Hydatid cyst, endemic
in our country, is commonly detected in Central Anatolia,
Southeastern Anatolia, and Eastern Anatolia regions.®

Hydatid cyst mainly affects the liver and lungs but can oc-
cur anywhere in the body.®> While it is most commonly lo-
cated in the liver (60%) and lungs (30%), hydatid cysts are
rarely found in other organs such as the kidneys, spleen,
peritoneum, bones, and brain. Approximately 1-5.4% of
detected hydatid cyst cases involve the skeletal muscles.®
Spinal paravertebral hydatid cyst constitutes less than 1%
of all hydatid cysts.” Sacral hydatid cyst, which includes
20% of spinal hydatid cysts, is much rarer.

The infrequent involvement of the gluteus maximus mus-
cle without signs of hepatic or pulmonary disease is note-
worthy. This rare manifestation of primary intramuscular
hydatidosis in the gluteus maximus muscle was recorded
in 15 patients with bone and muscle echinococcosis by
Chiattoni et al. and Toprak et al. Interestingly, only one
instance of the gluteus maximus muscle being affected was
reported among their cases.® This article presents two pri-
mary hydatid cysts, one in the sacral paravertebral region
and the other in the gluteus maximus muscle. The occur-
rences in these sporadic areas underscore the importance
of maintaining a high index of suspicion when dealing
with cystic swellings in muscles, particularly in regions
where the disease is endemic.

CASE REPORTS

Patients were enrolled in the study following the acquisi-
tion of written consent, allowing for the utilization of their
data in academic publications and for further examination
and treatment.

CASE-1: A 27-year-old married male patient reported ex-
periencing left gluteal pain for the past three months fol-
lowing a traumatic incident. The intensity of the pain es-
calated in the week leading up to the visit, resulting in
gradual lameness of the left extremity. The patient had no
previous medical history. During the physical examina-
tion, swelling was observed in the upper lateral quadrant
of the left gluteal region without any signs of redness, ten-
derness, or warmth. Neurological and other examinations
yielded the expected results. The left gluteal USG revealed
a cystic lesion measuring 46x22x53 mm in the upper lat-
eral quadrant. The pelvic region's magnetic resonance im-
aging (MRI) identified a cystic lesion measuring
54x32x60 mm within the left deep gluteal muscle. Multi-
ple internal locations suggested a hydatid cyst (Figure 1).
The tomography (CT) evaluation detected no fractures or
Iytic or sclerotic lesions in the bone structures. The patient
underwent an Echinococcus serological test, which was re-
ported to be positive. To investigate the primary focus,
chest radiography, abdominal ultrasonography (USG), and
abdominal and thorax tomography were taken, and no fo-
cus on hydatid cysts was detected. In response to the per-
sistent and intense gluteal pain, the patient underwent a
surgical cystectomy. To prepare for the procedure, albend-
azole was administered at a dosage of 400 mg twice daily
during the week leading up to the surgery. The mass was
meticulously excised en bloc under general anesthesia,
with careful attention to avoiding puncturing the cyst wall
(Figure 2). The postoperative period was uncomplicated.
The patient was discharged five days post-surgery and pre-
scribed albendazole at a dosage of 400 mg twice a day for
a three-month duration. During follow-up appointments at
the first postoperative week, first and second months, and
the final third-month follow-up, the patient remained
symptom-free with no signs of recurrence.
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Figure 2. A: Image of hydatid cyst wall (H&E stain, x100) (S:Scolex G: Germinative membrane C:Cuticular membrane R:Reactive membrane)
B: There are foamy histiocytes, foreign body reaction, and necroinflammatory process around the hydatid cyst (H&E stain, x40).
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CASE-2: A 57-year-old married female patient applied
with complaints of swelling and pain in the sacral region
that started two months ago. Her pain had been severe for
about one month, and she had difficulty lying down. There
was no history of medical illness in her medical history.
On physical examination, the joint range of motion was
complete, and neurological examination was normal, but
there was palpable swelling in the sacral region without
erythema, tenderness, or warmth. In the ultrasonographic
study of the patient, a 49*38*36 mm, oval-shaped, well-
circumscribed mass lesion was detected on the right side
of the spinous processes in the sacral region, so an MRI
examination was performed on the patient. A lobulated
contoured lesion was detected, extending in a segment of
approximately 42 mm in the right posterior neighborhood
at the level of S1 and S2 vertebrae, hypointense in the T1
series (Figure 3), hyperintense in the T2 series, slightly hy-
pointense in the center, and showing peripheral enhance-
ment in contrast-enhanced series (Figure 4). In the evalua-
tion made by tomography, no fractures, Iytic, or sclerotic

lesions were detected in the bone structures. The patient
underwent an Echinococcus serological test, which was re-
ported to be positive. To investigate the primary focus,
chest radiography, abdominal ultrasonography, and ab-
dominal and thorax tomography were taken, and no focus
of hydatid cyst was detected. The patient underwent surgi-
cal treatment (Figure 5) due to pain and difficulty lying
down. One week before the surgery, the patient received
albendazole at a dosage of 400 mg twice daily. The mass
was then surgically excised en bloc under general anesthe-
sia, with meticulous care to avoid puncturing the cyst
Wall, and the postoperative period proceeded without
complications. Following a pattern similar to the previous
case, the patient was discharged with a prescription for a
three-month course of albendazole, 400 mg twice daily.
The patient remained symptom-free with no recurrence
observed during the first postoperative week, first and sec-
ond-month follow-ups, and the final follow-up in the third

month.

Figure 3. A: Alobulated contoured cystic lesion adjacent to S1 and S2 in the axial plane at T1-weighted images.
B: A properly limited hypointense cystic lesion in the sagittal plane at T1- weighted images.

270



Hydatid cyst in muscle: clinical and diagnostic approach Erdogan et al.

B LS/ LD L) G SFcA
SAMVI1IEE

Figure 4. Hyperintense lesion at T2-weighted images; central mild hypointense, lobulated contoured lesion showing peripheral contrast in
contrast-enhanced series on MRI.

DISCUSSION

CH (cyst hydatid) is a disease caused by the intestinal par-
asite Echinococcus. The most common agent is Echino-
coccus granulosus.® Although endemic in many regions,
including our country, hydatid disease can be seen world-
wide.'° This pathology is commonly observed in various
organs, particularly the lungs and liver. However, there
have been rare reports of its occurrence in other locations,
including the uterus and gluteal muscle.>* Lactic acid ac-
cumulation in the muscles is the most critical reason why
muscle involvement is less common because lactic acid
negatively affects the growth of hydatid cysts.**

Osseous involvement in CH is reported to be 0.5-2.5%.
35% of them are located in the spinal region, 21% in the
pelvis, 16% in the femur, and 10% in the tibia. Involve-

ment of ribs, skulls, scapula, humerus, and fibula is less

common.*? As mentioned before, hydatid cysts in muscles

are rare and are seen at a rate of 0.5% to 5.4% in the liter-
ature.5 Spinal paravertebral hydatid cyst constitutes less
than 1% of all hydatid disease. It is much rarer than sacral
hydatid cysts, which include 20% of spinal hydatid cysts.”
Gluteal region muscle involvement is rare and has been re-

Figure 5. Image of intraoperative cystic lesion. ported in a few studies.?>**15 In all documented cases, the

cyst was effectively treated through surgical intervention
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without complications. Musculoskeletal hydatid cysts, in-
cluding those in the gluteal region, typically manifest as a
chronic painful mass. Additionally, most patients present-
ing with such cysts have a prior history of hydatid cysts.!4
It's worth noting that this condition may present inde-
pendently or concurrently with hydatid cysts in other or-
gans. In the initial case, the patient experienced a painful
mass, specifically in the gluteal muscle. Our second case
presented with swelling and pain in the sacral region; other
organs were normal in both cases. Although these areas are
rare, hydatid cysts should be considered in the differential

diagnosis of any painful mass in endemic regions.

Diagnosing a hydatid cyst is typically established through
a combination of factors, including the patient's medical
history, physical examination, imaging findings, and sero-
logical tests.254 ELISA is a serological test that diagnoses
CH with 95-97% accuracy.® Patients with hydatid cysts
frequently have a history of contact with animals, particu-
larly dogs, and reside in rural areas where sheep or cattle
farming is prevalent.’> Ultrasound (USG), CT scan, and
MRI are imaging modalities that can reveal both the extent
of involvement in adjacent tissues and the features of the
cyst. MRI is often considered more sensitive in cases in-
volving muscles, particularly in assessing the depth of the
mass. USG is valuable in diagnosis as a first-line imaging
method. It can be detected in forms ranging from pure
cystic lesions to solid appearance on USG. Still, detecting
daughter vesicles in the cystic lesion, separating the endo-
cyst, and observing the membrane forming the water lily
landscape are very useful in diagnosis. Observation of
daughter vesicles in the cystic lesion on CT, detection of
septa formations, and demonstration of plaque-like calci-
fications on the cyst wall is valuable in diagnosis.'6” MRI
is the most helpful method among all imaging modalities
in planning treatment and determining the extent of the
disease.’® USG, CT, and MRI modalities were used in our
patients, and all of them showed the imaging features of
the hydatid cyst. Although some authors use needle biopsy
for diagnostic purposes, we do not recommend needle bi-
opsy as it may cause cyst rupture and anaphylactic reac-

tion.1®

The primary treatment method in cases of muscular hyda-
tid disease is total cyst excision. If the cyst cannot be re-
moved entirely, the cyst should be drained, the germinative
membrane wholly removed, and the cyst pouch irrigated
with scolicidal solutions. A 10% recurrence rate has been
reported depending on the distribution of the scolices dur-
ing the surgical procedure. It has been reported that pre-
operative antiparasitic treatment may reduce the complica-
tions that may occur due to the distribution of the scolices
during the operation and the recurrence of the disease.™®
Especially in the treatment of symptomatic and painful hy-
datid cysts, if the size is more significant than 5 cm, total
surgical excision without opening the cyst is the best op-
tion.?% Indeed, alongside surgical intervention, medical
treatment with antihelminthic drugs like mebendazole and
albendazole should be considered. Administering these
drugs before and after surgery helps reduce the risk of local
recurrence. Both individuals in our care were prescribed
albendazole before their surgeries and continued the med-
ication for three months following the surgical procedures.
The cyst was successfully excised in both patients without
rupture or complications, so no recurrence was observed
during follow-up.

Conclusion

The lungs and liver are the most common sites for hydatid
cysts. Although only a limited number of cases with invol-
vement of the paravertebral region and gluteal muscles—
without lung or liver involvement—have been reported in
the literature, hydatid cysts should be considered in any
patient presenting with a growing mass in any organ, es-
pecially in endemic regions. Preoperative needle biopsy or
cyst aspiration can lead to parasite dissemination and in-
fection of adjacent anatomical areas. Therefore, when clas-
sical imaging findings are observed in endemic areas, any
cystic lesion should raise suspicion for this disease. The
treatment of choice is total excision of the cyst along with
its pericystic contents.
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