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CASEREPORT

Primary Adrenal Hydatid Cyst: A Case Report

Sataa Sallami, Sami Ben Rhouma, Ali Horchani
DepartmentofUrology,LarabtaHospital,Tunis,Tunisia

Abstract
A38yearoldwomanwhopresentedwithrightflankpain
ofunclearaetiology.Imagingstudiesdemonstratedacystic
mass  in the right upper pole of the kidney causing the
ureteropelvicjunctionobstructionwithawithasignificant
proximalurinary tractdilatation.Sheunderwentacareful
excision of the cyst and the pathological examination
confirmedahydatidcyst(HC)oftherightadrenalgland.
Wedescribetheradiologicalandperioperativefindingsof
this rare case.Wehave also reviewed the recentmedical
literatureofsimilarcasereports.

Key words: adrenalgland,hydatiddisease,echinococcosis,
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Introduction
Hydatid disease is an endemic illness inmany countries,
and itposesan importantpublichealthproblem.Hydatid
disease is a parasitic disease caused by the larval stage
of Echinococcus granulosus and E. alveolaris. Humans
may become intermediate hosts through contact with a
definitivehost(usuallyadomesticateddog)oringestionof
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contaminatedwaterorvegetables(1).
Theadultwormlivesinthesmallintestineoftheprimary
host.Ovaarepassedinfecesandingestedbytheintermediate
host,whichmayincludehumans.Hatchedembryosmigrate
throughtheintestinalmucosa,entervenulesandlymphatics,
and reach the liver. If embryos bypass the liver, they can
reach the lungs via the inferior vena cava and heart.
Embryosmayreachanyotherorganortissueinthebodyas
theadrenalglands,viathesystemiccirculation,(2)whereit
developsintosmallHC(1,3).InfectionwithEchinococcus
larvae generally results in the formation of hydatid cysts
in the liver and lungs (2,4), ), although the infectionmay
affectalmostanyorganinthebodyincludingbrain,muscle,
kidney,heartandevenendocrineglands.Unusualsitesfor
thisdiseasemaycausediagnosticproblemsmakingcorrect
preoperativediagnosisdifficult.ThelocalizationofHCinthe
adrenalglandisextremelyrare(5).Only17caseshavebeen
describedintheliterature(2,6).Withthewiderapplication
of ultrasonography (US) and computed tomography (CT)
moreofthesecasesarenowbeingreported.
Herein,wereportacaseofanadrenalhydatidcystcausing
uretero-pelvic junction obstruction in a patient with right
flankpain.
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Case Report
A38-year-oldwomanwasreferredtousforrightflankpain.
Shedeniedanyhematuriaorlowerurinarytractsymptoms.
Hermedicalhistorywasnotsignificant.
Physical examination was unremarkable. Laboratory
data included a complete blood cell count, electrolytes,
eosinophil count, serumbiochemistry and urinalysiswere
within normal limits. A plain abdominal X-ray showed
a 3-cm round opacity in the right upper region of the
abdomen,withcurvilinearcalcifications(Fig.1).Abdominal
Ultrasound showed a calcified heterogeneous cysticmass

between the superiorpoleof rightkidneyand liver in the
retroperitoneal areawith pelvic and caliceal dilation.The
intravenous pyelography showed the right ureteropelvic
junctionobstructionwithasignificantproximalurinarytract
dilatation(Fig.2).
Abdominal computed tomography scan confirmed the
ureteropelvic junction obstruction secondary to a solitary
cystic mass, located in the upper pole of the kidney. It
showed peripheral calcifications, wall thickening, and
central partial fluid image with no enhancement after
intravenouscontrastmediainjection(Fig.3,4).Itwas50
x 70 x 50mm in dimensions.Radiological findingswere
suggestive of a primary adrenal echinococcosis.No other

Figure 1: Abdominal X-ray: a small round opacity in
the right upper region of the abdomen, with curvilinear
calcifications(projectionontheadrenalglandarea)(arrow).

Figure 3, 4: CToftheabdominalcavity:acystintheright
retroperitoneal space, above the upper pole of the right
kidneywithcurvilinearcalcificationsofthewall(arrow)

Figure 2:IVP:awallcalcifiedupperrenalmassassociated
withureteropelvic junctionobstructionof therightkidney
(arrow).
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intra-abdominalorintra-thoracicmasseswerefound,either
in the liver,peritoneumor lung.ChestX-raywasnormal.
Thespecificserologyforimmunoglobulinanti-Egranulosus
was negative. Urinary catecholamines and metanephrine
levels were within normal limits. The patient underwent
surgery and a thick-walled70mmcystwasdissectedout
fromthesurrounding tissues(Fig.5).At thesamesession
an Anderson-Hynes pyeloplasty with double J stenting
was performed via antegrade approach. Inspection of the
cyst showed the typical clear fluid of a hydatid cystwith
sand pasty material and calcified bodies. Pathological
examination of the specimen confirmed a hydatid cyst of
the adrenal gland.The patient’s postoperative coursewas
uneventful.Shewasdischargedon the thirdpostoperative
day.Patientisnowsixmonthspostsurgeryandremainswell
withoutanysymptoms.

Discussion
Hydatidosis is a parasitic disease (2), endemic in many
partsoftheworld.ItismostcommonlyfoundintheMiddle
East,northofAfrica,Australia,IcelandandSouthAmerica,
and also remain endemic Tunisia (4). Hydatid disease is
capableofinvolvingalmostanyorgan(3).Inaseriesof275
patients (5), the sites of involvement (in decreasing order
of frequency) included the liver (74.8%), lungs (48.3%),
peritoneum, kidney, brain, mediastinum, heart, bone, soft
tissues,spinalcord,spleen,pleura,adrenalglands,bladder,
ovary,scrotum,andthyroidgland.Patientsmaypresentwith
disseminateddisease.
Primaryhydatiddiseaseoftheadrenalglandisarareevent

(4);asthisentityhasbeenreportedinonly7%ofalladrenal
cystsandconstituteslessthan1%ofallcases(5).Adrenal
hydatidcystsusually forminassociationwithgeneralized
echinococcosis.Adrenal glands get seeded with infection
due to a secondary spread resulting from spontaneous or
intraoperativeruptureofaprimarycyst.Ontheotherhand
primary hydatid cysts of the adrenal gland are extremely
rare.Outof the9adrenalcysts reportedbyAkçayMNet
al, only five of themwere primary (5).As the growth of
HC is slow, patients generally remain asymptomatic and
the diagnosis is made incidentally (5 ).When symptoms
arepresent,mostarerelatedtolocalvisceralcompression.
The most important clinical features are : flank pain
(4,5) and gastrointestinal symptoms (bloating, fullness,
nausea,vomiting,constipation,andanorexia)(3).Physical
examinationisusuallynormal(4)butoccasionallyamass
maybefound(5,7).Thecomplicationsofanadrenalgland
HC include rupture in theperitoneumor retroperitoneum,
local infection, fistula, hemorrhage, or compression of
adjacent tissues (5,7). Rarely, an adrenal HC may cause
arterial hypertension which has been described as the
Goldblattphenomenon(4,7).SerologicalstudieslikeELISA
or serum IgE levelsmay assist in diagnosis (2), but lack
both sensitivity and specificity (8). Radiological imaging
techniques provide an important aid in the diagnosis and
followupofechinococcosis(5,7).Imagingfindingsdepend
on the stage of cyst growth and associated complications
(9). In2003, theWorldHealthOrganizationproposed the
following classification based on ultrasound(US) features
ofthecysts:type1isawell-defined,anechoiclesion;type
2 demonstrates separation of the membrane (the “water
lily” sign formedby theundulatingmembrane); type3 is
characterized by the presence of septa and intraluminal
daughtercysts.Type4isanonspecificsolidmass.Type5is
asolidmasswithacalcifiedcapsule(9).Thecasedescribed
in this report is a type 5 cyst.ACAT scan is superior to
USindemonstratingcystwallcalcification, infection,and
peritonealseeding.Italsobetterdelineatestherelationship
of the cyst with adjacent organs (2).Magnetic resonance
(MR)imagingshowsthecharacteristiclowsignalintensity
rimofthehydatidcystonT2-weightedimages(10).Both
MR andCT images are able to show the exact anatomic
extent, size,volumeandpositionof themass, thenumber
of cysts, the relationship to other organs and possible
complications.FewreportssuggestMRItobemorespecific
thanCT(10).Calcificationisseenonradiographyin20%-
30%ofhydatidcystsasaperipheralcurvilinearorring-like
pattern.Completecalcificationofthecystsissuggestiveof
theparasitedeath(6).Thepresenceofcalcifications in the

Figure 5:Intraoperativeviewofthecyst(circle)duringthe
dissectionoftheadherenceswiththeliverandtheadrenal
gland(arrow).
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adrenalmass verymuch supports a diagnosis ofHC (8).
ThepreoperativediagnosisofHC ishighly suggestedby
USandCTscanfindings(4)butthehydatidnatureofthe
cystcanonlybeconfirmedpathologically.
The differential diagnosis of an adrenal cyst include
an endothelial cyst, a pseudocyst due to infarction or
hemorrhage,acysticneoplasmlikelymphangioma,apost-
traumatic cyst (5,8), a cystic phaeochromocytoma (4),
anabscessandothercongenitaloracquiredcysts. Justas
in hepatic and pulmonary hydatidosis, surgery remains
themainstay for the treatment ofHC (5,7). Surgerywith
eitherpartialortotalexcisionofthecyst,withorwithout
preservationoftheadrenalgland,isthetreatmentofchoice
(4).
The rapid development of laparoscopic techniques has
encouragedsurgeonstoreplicateprinciplesofconventional
hydatid surgery using a minimally invasive approach.
Amongtheseveralsuggestedsurgicalmethods,thesimple
resection of the cyst is considered the best option as it
allowspreservationofthegland.AsreportedbyHorchani
andDionigi (2, 4 ) openor laparoscopic surgerymaybe
indicated. Secondary infestation can be prevented by
intraoperativeinjectionofconcentratedsalineintothecyst,
whichcausesdeathoftheparasites.

Conclusion
Primary hydatid cysts in the adrenal gland are a rare
Occurrence.  Imaging modalities such as US, CT and/
or MRI may be helpful in suggesting a diagnosis but
confirmationrequiresabiopsy.Radiologistsandsurgeons
shouldconsiderHDin thedifferentialdiagnosisofcystic
lesionsespeciallyinpatientsfromendemicregions.
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