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Introduction

Hydatid disease is an endemic parasitic infection caused by
the canine tapeworm,mostly Echinococcus granulosus, and it
is an important public health problem in the Mediterranean,
Middle East, Africa, South America, Asia, and Australia.1 The
definitive hosts for E. granulosus are dogs and the interme-
diate hosts are most commonly sheep though other animals
including cattle, horses, goats, and camels are also potential
intermediate hosts.1 Humans become infected when they
ingest eggs; the larva then burrow through the intestinal
wall, entering the bloodstream. They may enter the portal
venous system affecting the liver (in 60–70% of cases) or the
pulmonary circulation affecting the lungs (5–27% of cases)
manifesting as cysts.1 Hydatid cysts can, however, occur in
other organs including the central nervous system, bone,
kidney, or in the subcutaneous tissue.2,3 Subcutaneous

hydatid cysts are rare but present the same concern about
the riskof rupture resulting in anaphylaxis or the presence of
daughter cysts.1 Treatment approaches include conservative,
drug treatment, surgery, or PAIR (puncture, aspiration, injec-
tion, re-aspiration) depending on the stage. Here we present
a case from a hospital in northwest Syria noting the success-
ful use of a manual vacuum-assisted closure (VAC) pump for
wound management.

Case Report

Awoman in her 50swith a bodymass index (BMI) of 35kg/m2

presented to a hospital in northwest Syria with a 10-day
history of a painful right gluteal mass. She had no medical
history, and there was no history of a recent intramuscular
injection. She lived with her extended family and did not
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Abstract The lungs and liver are the most common sites of hydatid cysts, but they may also be
found in other organs. We report the case of a lady in her 50s who presented to a
hospital in northwest Syria with a large swelling in the right gluteal region. This was
diagnosed as a gluteal abscess, and an incision and drainage were performed. Intra-
operatively, a hydatid cyst germinal membrane was noted. She had the required
imaging to exclude other cysts, which revealed a liver hydatid cyst of 7.5 cm, which was
treated with PAIR (puncture, aspiration, injection, and re-aspiration) and albendazole.
The residual woundwas closed using amanual vacuum-assisted closure (VAC) pump for
seven days. A key lesson is that a hydatid cyst in the gluteal muscles, though rare,
should be considered in the differential diagnosis. We also show that the innovative use
of a manual VAC pump can be used to support closure of large hydatid cyst cavities in
muscles.
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smoke or drink. She took no regular medication and had no
known drug allergies. On physical examination, there was a
swelling in the upper lateral quadrant of the right gluteal
region with signs of erythema, tenderness, and warmth.
Abdominal, chest, and neurologic examinations were normal.

She was initially diagnosed with a pyogenic gluteal ab-
scess, and an incision and drainage were done on the same
day. During the operation, about 500mL of fluid was drained
from the abscess and a hydatid cyst germinal membranewas
noted during irrigation and suction of the cavity, raising
suspicion of hydatid disease (►Fig. 1). Postoperatively, the
cavity was treated with daily dressings for 4 days, then
manual negative pressure wound therapy (NPWT) was ap-
plied using a PragmaVAC device for 7 days due to the size of
the wound (►Fig. 2a). Afterward, an endoscope was used to
show the entire cavity, which revealed good and healthy
granulation tissue without infection (►Fig. 2b). The wound
was closed by stitching on layers (►Fig. 3).

Due to the diagnosis of a likely hydatid subcutaneous cyst,
the patient had a chest X-ray, which was unremarkable, and
then went on to have an ultrasound and then computed
tomography (CT) scan of her liver; this revealed the presence
of an active solitary hydatid cyst without daughter cysts in the
liver of 7.5 cm (►Fig. 4a). This was treated with PAIR with
adjunctive albendazole 400mg twice daily for 3months as per
the WHO standard guidance for stage CE3a for a cyst greater
than 5 cm.4,5 An ultrasound of the gluteal areawas performed

after 3 weeks, and it showed no residual cavity and no other
cysts. After about 1month, a gluteal CTscanwasperformed for
the area to ensure cavity closure and to look for other cysts
(►Fig. 4b). The patient was reviewed 1 month later and was
noted to have no complications or evidence of recurrence.

Discussion

Subcutaneous hydatid cysts in the gluteal region are an ex-
tremely rare event even in areaswhere the disease is endemic.2

It usually presents as a chronic, painful lump, and hydatid
disease must be considered in the differential diagnosis in
endemic areas.2 Serology may also be helpful although it may
not be widely available. Imaging can be helpful as it may show
the characteristic features of a hydatid cyst, which include
double echogenic lines of the cyst wall separated by a hypo-
echogenic layer, multiple-echogenic foci, detachment of the
endocyst from thepericyst, and thepresence ofdaughter cysts.6

For a large hydatid cyst in the gluteal region that is
symptomatic or at risk of rupture, most experts would recom-
mendcompleteexcision. Interestingly,Kayaalpetal’s reviewof
22 cases of subcutaneous hydatid cyst noted that none were
associated with anaphylaxis, something that is of concern in
liver or lung hydatid cysts. In this case, identifying it to be a
hydatid cyst avoided the unnecessary use of antibiotics and
meant that adjunctivemedical treatment with antihelminthic
drugs, such as mebendazole or albendazole, is used to reduce
risk of local recurrence.1 This is usually continued for at least
3 months with patients followed up at intervals to monitor
progress or complications.

In this case, we also highlight the therapeutic potential of
NPWT to support closure of the cavity. Both randomized
controlledtrialsandretrospectivecohort studies reportbenefits
such as reducedwound volume, acceleratedgranulation forma-
tion, and a lower incidence of postoperative complications
including infection, dehiscence, and necrosis.7,8 Its clinical
applications currently encompass exposed bone or joints, deep
sternal wounds, open abdomen, or intra-abdominal infections,

Fig. 1 Gluteal hydatid disease cavity postsurgery.

Fig. 2 (a) PragmaVAC device and pump. (b) Wound after PragmaVAC
device removal.

Fig. 3 Final outcome of the wound.
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aswell asulcers frompressure injuries, vascular insufficiency,or
as complications of diabetes.7 Manual NPWT (PragmaVAC) is a
novel device that generates negative pressure bymanual press-
ing, without electrical power. The generated pressure level is
–100mmHgon average,which is compatiblewith the standard
commonly used in treatment of open wounds. It consists of a
medical grade standard plastic bellow (pump) attached to the
wound dressing via a tube.8 The NPWT technique proved to be
effective in such cases, especiallywhere the cavity is large or the
patient has a large BMI. It is also useful in low-resource settings
where electricity sources may be unreliable.

Conclusion

Despite being rare, primary subcutaneous hydatid cyst
should be considered for the differential diagnosis of soft-
tissue masses or abscesses particularly for patients who live
in regions where hydatid disease is endemic. Manual NPWT
(PragmaVAC) can be effective in treating large cavities with-
out any adverse consequences, help accelerate granulation
tissue formation, and significantly reduce in wound dressing
frequency. Manual NPWT can be a practical and cost-effec-
tive device in settings of conflict where electricity is in short
supply, making it a useful adjunct in such settings.

Authors’ Contribution
M.N. wrote the first draft of themanuscript andM.N., M.H.,
H.A., and A.A. contributed to the reviews and revisions of
the manuscript.

Ethical Approval and Consent to Participate
The patient has provided a signed consent form and has
agreed for the relevant images to be used. We have
anonymized the case report, photographs, and radiology
as much as possible.

Consent for Publication
All the authors gave their consent for this case report to be
published. The patient gave their consent for publication
of this case report.

Funding
None.

Conflict of Interest
M.N., M.H., and H.A. are supported by Grand Challenges
Canada. H.A. receives a salary from PragmaVac Innova-
tions, the producer of PragmaVAC. A.A. has no competing
interests.

Acknowledgments
This Project Manual Negative Pressure Wound Therapy—
PragmaVAC—is supported by Creating Hope in Conflict: a
Humanitarian Grand Challenge; a partnership of USAID,
the UK Government, the Ministry of Foreign Affairs of the
Netherlands, and Global Affairs Canada, with support
from Grand Challenges Canada. The views, opinions,
and policies expressed do not necessarily reflect those
of the funding partners.

References
1 Kayaalp C, Dirican A, Aydin C. Primary subcutaneous hydatid

cysts: a review of 22 cases. Int J Surg 2011;9(02):117–121
2 Yildirim M, Erkan N, Vardar E. Hydatid cysts with unusual local-

izations: diagnostic and treatment dilemmas for surgeons. Ann
Trop Med Parasitol 2006;100(02):137–142

3 Yagmur Y, Akbulut S. Unusual location of hydatid cysts: a case
report and literature review. Int Surg 2012;97(01):23–26

4 WHO. PAIR: Puncture, Aspiration, Injection, Re-aspiration. 2001.
Accessed July 18, 2024 at: http://apps.who.int/iris/bitstream/
handle/10665/67207/WHO_CDS_CSR_APH_2001.6.pdf;jsessio-
nid=CB5FD321D7BC19261FCBF7DF7EFB3BCA?sequence¼1

5 Menezes da Silva A. Hydatid cyst of the liver-criteria for the selection
of appropriate treatment. Acta Trop 2003;85(02):237–242

6 Pedrosa I, Saiz A, Arrazoala J, Ferreiros J, Pedrosa C. Hydatid
disease: radiologic and pathologic features and complications.
Radiogrphics 2000;20(03):795–817

7 Huang C, Leavitt T, Bayer LR, Orgill DP. Effect of negative pressure
wound therapy on wound healing. Curr Probl Surg 2014;51(07):
301–331

8 Hariri M, Maaz B, Netfagi M, et al. Validation of a manual negative
pressure wound therapy device (PragmaVAC) for acute and
chronic wounds: a prospective, randomized, controlled trial.
World J Surg 2022;46(12):2946–2953

Fig. 4 (a) Computed tomography (CT) scan showing the hepatic hydatid cyst. (b) CT scan showing gluteal abscess postsurgery.
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