Case study

CuriousCaseOfAn
AnteriorNeckSwelling.

ABSTRACT:

AThyroglossalcystisamongstthemostcommonlyencounteredanterior
painlessneckswelling.ltsusualpresentationisseeninchildhoodandrarelyit
canpresentinadulthood. ThemanagementforThyroglossalcystis,the
Sistrunk’sOperation. Theetiologyisexplainedbyembryonicdevelopmentof
theThyroglossalductanditsdeficiencytoobliterateafterbirth.Herewe
presentacaseofa45yearoldgentlemanwhopresentedwithapainless
midlineneckswellingsincebyears.Onsetoftheswellingwasinsidiousand
graduallyincreasedinsizeovertheyears.Patientdidnotgiveanyhistory
suggestiveofaninfectionorthyroidglanddysfunction.USGoftheneck
revealedafluidfilledcysticlesionbelowthehyoidbone.MRIoftheNeck
revealeda3.5x3x3.5cmwell-definedlesionintheanteriornecksuggestinga
ThyroglossalCyst.Patientwasworkedupforasistrunk’sprocedure.Histopathologyrev
ealedawell-
differentiatedPapillary ThyroidCarcinoma.ThyroglossalductCystinadulthoodisarar
eentityasmostofthe
caseusuallypresentedatchildhood.PresenceofaThyroglossalCystinanadult
shouldpromptthecaregivertoevaluateforamalignantchange.Sistrunks
procedureremainsthestandardtreatmentofchoiceforalltheagegroups.
InfectionofthecystremainsthemostcommoncomplicationofThyrglossalcyst.
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INTRODUCTION

Thyroglossalductcyst(TDC)isonthemostcommonmidlineswellingof
theneckwhicharisesfromaunobliteratedthyroglossalductwhichispresentin
theembryonicperiod®).Itrepresentstheembryonicpathwayofdescentofthe
thyroidgland.Asitisacongenitaldiseaseitpresentsmostcommonlyinthe
childhoodperiodandseldompresentsinadulthood.Hence,mostofthedata
availableonthissubjecthaveafocusonmanagementofthisconditioninthe
childhood period.

Sistrunk’sProcedureistheprocedureofchoiceforthisdiseaseandis
acceptedgloballyasthestandardofcare®.Theoperationincludestheexcision
ofthecystwithexcisionofthecentralpartofthehyoidboneandcoringofthe
tracttilltheforamencecum.Thisisdrivenbytheknowledgeoftheembryonic
developmentoftheThyroglossalductanditsintimaterelationwiththeHyoid bone.

DataavailablerevealsasatisfactorycurerateswithSistrunk’sOperationfor
Thyroglossal cyst occurring in childhood and very few cases are reported in

adult age group and hence less data is available for comparison(®).

CASEREPORT

Herewepresentacaseofa45yearoldgentlemanwithnocomorbidities,

whopresentedwithapainlessmidlineneckswellingsince6years,theswelling
wasfirstnoticedbythepatient6yearsagowhenitwasthesizeofapea
graduallyitprogressedtothecurrentsizeofalemon.Patientdidnotgiveany
historyofFever,Pusdischargefromswelling.Nohistorysuggestiveofthyroid
dysfunctionordifficultyinswelling/breathing/changeofvoice.Examination
revealeda4cmx4cmmidlineneckswelling,movingwithdeglutitionand
protrusionoftongue,smoothsurfacewithroundededges,notendernessorrise of

local temperature.Thyroid gland not palpable. No cervical lymph nodes palpated.



Fig1.Movementwith Fig2.Midlineneckswelling
tongue protrusion.

CECTofNeckrevealedawell-definedperipherallyenhancingcystic

Fig3.ImageShowingcalcifications.

structureinmidlineupperneckinfrahyoidinlocationmeasuring3.6cmx2.9 cm x 3.5 cm

with foci of calcification.



Fig5.Antero-posteriorviewshowingcloserelationthehyoidbone.

MRINeckrevealedwelldefinedT1hyperintenseswellingintheinfrahyoid
regionwithmultiplebloomingspotssuggestiveofthyroglossalcystwith

calcifications.
Patient was posted for Sistrunk’s procedure. Patient, under general
anaesthesia,wastakeninthesupinepositionwithneckextendedandhead supported

with the help of a ring. A transverse incision was taken over the



swellinganddeepeneditilltheinvestinglayerofdeepcervicalfascia.Strap
muscleswereretractedlaterallyandswellingwasfreedfromalladhesions.
Hyoidbonewaslocatedsuperiorlytotheswelling,offwhich,themuscle
attachmentsfromthecentralpartwerereleased.Thehyoidbonewascutinthe
centralpart. Thetractwasthenseenextendingsuperiorlyintofloorofthe
mouthandcoreduptothemylohyoidmuscle.Woundwasclosedinlayersafter
achievinghomeostasisoveraclosedvacuumdrain.Patienttoleratedthe
procedurewellandthespecimenwassentforaHistopathologicalExam.Post

operativeperiodwasuneventfulandthepatientwasdischargedofPOD-2with drain in-

Situ.

Fig7.Papillary Fronds with Orphan-

Fig6.Postoperative Annie Nuclei Noted.
specimen.

Histopathological examination revealed a well-differentiated Papillary

Thyroid Carcinoma involving the capsule with classical orphan Annie nuclei.



DISCUSSION

The rare occurrence of thyroglossal cyst in adults is the reason for the
paucity of data in the adult population. The majority of patients are males.
Reports in literature, however, do not come to a consensus with some reports
suggesting equal distribution, whilst some suggest male or female
preponderance.

Painless anterior midline neck swelling is the most common presentation of
Thyroglossal Cyst in adult patients. The presence of other symptoms such as
pain, odynophagia, dysphagia, and dyspnoea often indicates the presence of
complications such as abscess formation. Location of thyroglossal cyst with
respect to hyoid bone can be variable, while midline position is the dominant
location in both children and adults, lateral deviation has been noted in adult
presentation®. With respect to the hyoid bone, cysts can be above, over, or
belowthehyoid,mostcommonlytheyareinfra-hyoid. Thesurgical management of
thyroglossal cyst has changed with time. Earlier Incision & Drainage or simple
cyst excision were presented with unacceptably high levelsof recurrence,
Schlange in 1893, suggested excision of the cyst and mid-portion of the hyoid
bone and leaving behind the proximal tract — a technique which resulted in
recurrence rates of 30%. In 1920 Walter Ellis Sistrunk reported the classical
Sistrunk procedure which significantly improved postoperative outcomes and
has since remained the gold standard to date(?. Recent advancements such as
robot-assisted, endoscope-assisted transoral, axillary & retro-auricular
approaches have been attempted for thyroglossal cyst in adults. These
procedures are cosmetically superior to the sistrunks operation but data on
efficacy being the same are inadequate.

Recurrence is the most important post-op outcome following the Sistrunk
procedure,witharecurrencenotedin3%—6%o0fcases.Thisisoftenattributed

totechnicalshortcomingsviz.incompleteexcisionoftheductorthepresence



oframificationofducts,whichremainunrecognizedatthetimeofsurgery.Most
recurrencesoccurinthefirstémonths(®).Anotherimportantpossible
complicationisdamagetothel2thCranialnerve.Meticulousdissectionofthe
centralpartofhyoidboneandpreservationoftheSuperiorHornofHyoidbone
canhelpsignificantlyinpreventinginjuriestotheHypoglossalnerve.

IncidenceofThyroglossalcystintheadultpopulationisabout7%.
ThyroglossalCystpresentwitha<l1%chanceofharbouringamalignantfociin
adultpopulation(™.Thereareonlyaround300casesofPapillarythyroid carcinoma
reported in TDC since its first reporting by Brentano in 1911().
Mostcommonlyonhistopathologywefindpapillarythyroidcarcinoma(90%)®).Many
treatmentoptionssuchasTotalThyroidectomywithBilateralneckdissection, radioa
ctiveiodine,thyroidsuppressionhavebeensuggested.Sistrunksoperationisusually
consideredsufficientandneedforfurtherinterventionis
decidedonthebasisonthefollowingfindingsa.) Thyroidnodule(cold)picked
uponthyroidscanb.)cervicallymphnodesdetectedclinicallyoronimagingc.)
priorhistoryofirradiationtotheneck.Calcificationisthehallmarkofpapillary
carcinomainathyroglossalductcyst®).Pre-operativeroleofFNACremains
uncertainbutshouldberecommendedtopickuplesionsearlyandtoplana
definitivetreatment®.TheSistrunkoperationaloneissufficientforsquamous
carcinoma,buttotalthyroidectomyisrecommendedfordifferentiatedthyroid
carcinoma.

Afterlingualthyroid,theThyroglossalcystinthesecondmost-common site for
ectopic thyroid tissue. Incidence of which is approximately 60%. In most of the
cases the thyroid gland is normal and the patients are often euthyroid or
hypothyroid at presentation. Hence, pre-operative evaluation with a thyroid
function test and thyroid scan should be undertaken, prior to its excision, so as
toconfirmwetherthetissueinthecystisnottheonlyfunctioningthyroid tissue in the

body.



FOLLOW-UPPROTOCOL

Inourcase,thepatienthasbeenadvisedayearlyfollowupwiththyroid
functiontestsandUSGofneckwiththyrogllobuinlevelsashedoesnotmeet the criteria

for warranting additional intervention for the papillary thyroid carcinoma.
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