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Pe3rome

Ilen na uzcnedoganemo: IbpBUYHUAT NaNUIapEH KAPIIMHOM B KHUCTA
OT JYKTYC THPEOIVIOCYC € PSJIKO CpelllaHa IaToNorusl, JUarHOCTULIU-
pana B 1 10 2% oT cayuauTe Ha CpeiMHHA KUCTa Ha musTa. Jluaruo-
3aTa Hal-4ecTo ce MOCTaBs MOCTONEPaTHBHO, NPH U3BBPLIBAHE HA
onepauus 1o Sistrunk. JluckyraGuiaeH € BbIPOCHT 3a JeGUHHUTUB-
HOTO JICYEHHE U MOBEICHNE C OINIe]] Ha U3BBPIIBAHETO HA TOTAIHATA
THPEOHJIEKTOMHUS € TIOCNIEBalla aJI0BAHTHA PaJUOTEpanus U HyX-
nara ot nocnenuute. [Ipencrapsame KIMHUYEH Cllydail Ha NanuIapeH
KapIUHOM B KHCTa Ha IYKTYC TUPEOLNIOCYC M JIHTepaTypeH 0030p C
1e71 SICHOTA B aJITOPUTHMA Ha MOBEJCHHUE IIPH TaKaBa MAaTONOTHUsL.
Mamepuanu u memoou. IlpencraBsime ciayuyail OT IpakTHKaTa Ha
38-rogumiHa jKeHa ¢ MANMIapeH KapIUHOM, IIPOU3IH3all OT KUCTa
Ha JIyKTYC TUPEOITIOCYC, XUCTOJIOTHYHO J0Ka3aH CJe/l Onepalus 1o
CuctpyHK. B nombianenue TuckyTHpame aToreHe3ara Ha nanuiapeH
KapIUHOM B KHCTa Ha AYKTyC TUPEOIIOCYC U HyKJaTa OT THPEOH-
JEKTOMUSL.

Pesynmamu: Tlaunentkara T. C. Ha 38 roguxu, XocnuTaau3upaHa
B Kitmanka no ynram, HocHu u repineHu 6onecta kbM YMBAJT ,,Cs.
T'eopru® — I[lnoBauMB c mpenBapuTeslHa AMAarHO3a MeAMAIHA KHCTa
Ha IIUTA, MOTBbPEHa OT KOMIIIOThpHATa TOMorpadus U exorpad-
cKo m3cnenBaHe Ha mus. Cliiel] IPOBEIECHO ONEPaTHBHO JICYCHHE 10
CHCTPYHK, ¢ HOCJIe/Ballla XHUCTONOIUYHA €K3aMHHAIMS U TOBTOPHA
BepUduUKaLMs, pe3ynTaTuTe oKa3axa HaJIM4YKMe Ha NanuiapeH Kapliu-
HoM. Creq M3BBPIICHO CHUHTUTPA(CKO M3CIEABAHE HA IIUTOBUIHA
XKJe3a, ¢ HeyOeIUTeIHH IaHHU 33 HEOIIPOLEC B ChIATa, CE M3BbPIIH
TUpeoniekToMus. He ce OTKpH CUHXPOHEH ManumiapeH KapLuuHOM Ha
IMUTOBHUAHATA KJIe3a. XUCTOIOTHYHHAT Pe3ylTaTr II0Ka3a HOIO3HA
xonmouaHa ctpyma. [IpoBeme ce mocromeparuBHO jedeHue ¢ 1131
(paauoakTUBEH o) U XOpMOH3aMecTHTenHa Tepanus ¢ Lthyroxin.
H3600u: HamupaMe ToTalHaTa THPEOUICKTOMHS 3a THUCKyTaOHIICH
MOJXOJ B JCYCHHETO HA MANMIapeH KapIUMHOM B KHCTa Ha TyKTYC
TUPEOIIoCyC. YMEeCTHa € TOYHaTa BepuU(UKalUs Ha EBEHTYallHO
IIBPBUYHO OTHHMINE B IMUTOBHIHATA JKJIe3a, C IIOCIEBaIa TOTaIHA
Tupeonaekromus ¢ 1131 abnarus u XOpMOH3aMECTHTEIIHA TEPAITHUsI.
KnrouoBu aymu: nanuiapeH KapLUuHOM, JyKTYC THPEOIIIOCYC, THpe-
OUJICKTOMHS, MEIMaHHA KICTA Ha IIUATA
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Abstract

Aim: Primary papillary carcinoma in a thyroglossal duct cyst (PTG-
DPC) is a rare pathological condition diagnosed in only 1-2% of the
cases of midline neck cysts. Diagnosis is most commonly made post-
operatively after the cyst is dissected by Sistrunk’s operation. There
is a lot of controversy over the definitive management of PTGDPC
and the proper therapeutic approach to it especially when we con-
sider using total thyroidectomy and subsequent adjuvant radioiodine
therapy in the treatment. We report a case of papillary carcinoma in
a thyroglossal duct cyst and review the relevant literature to clarify
what algorithm should a clinician apply in such cases.

Materials and methods: We present a case of a 38-year-old woman
with papillary carcinoma arising from a cyst in ductus thyroglossus
which was histologically identified after Sistrunk’s operation. We
discuss also the pathogenesis of papillary carcinoma in a thyroglossal
duct cyst and the need to perform thyroidectomy.

Results: The patient (T. C.) was a 38-year-old woman hospitalized in
the Clinic of Otorhinolaryngology at St. George University Hospital
in Plovdiv with a diagnosis of midline neck cyst confirmed by neck
computed tomography and ultrasound. Sistrunk’s procedure was
used for the patient who was shown by postoperative histology and
repeat verification to have papillary carcinoma. The patient’s thyroid
was examined scintigraphically yielding inconclusive evidence for
neoplasm and then removed by thyroidectomy. No synchronous pap-
illary carcinoma in the thyroid gland was identified. The histology
showed nodular colloid goitre. The patient received postoperatively
radioactive iodine (I-131) therapy and hormone-replacement therapy
with L-thyroxin.

Conclusions: We have found total thyroidectomy to be rather contro-
versial approach to managing papillary carcinoma in a thyroglossal
duct cyst. Accurate identification of a possible primary focal area
in the thyroid gland followed by total thyroidectomy in conjunction
with [-131 ablation and hormone replacement therapy seem far more
appropriate in such cases.

Key words: papillary carcinoma, Thyreoglossal duct, thyroidectomy,
midline neck cyst
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YBoa

[I{uToBMaAHATA 3KjI€3a ce OOpasyBa OT IUBEPTH-
KyJlI Ha BCHTpaJIHa CTCHA Ha IMBbPBUYHOTO YCPBO,
B YacTTa My Ha TpaHUIaTa MEKAY ITbpBHYHATA
yCTHA sIMKa U T'bATa4a. J[MBEpTUKYIBT € HeUUu(TEH,
pas3mnoNoKeH B CPeIMHHATA PaBHUHA U C€ CITyCKa
HaJ0Jy U Hanped MEKAY BCHTPAJIHUTC Kpaullla Ha
1-Ba u 2-pa Bucrepanna apra. [Ipu ToBa cryckane
3a4aThKbT Ha JKJIe3aTa 0CTaBa CBbP3aH C IIbPBOHA-
YaJHOTO CH eMOPHOHAIHO MSCTO Ype3 CIUTETHA-
HO TOBJIEKJIO, KOETO TO-KhCHO CE KaHAIM3HPA U CE
Hapu4Ja AyKTyc Tupeoriocyc. [lociaeqHusaT u3ue3na
npeau 9-tara ceMHIla HA eMOPUOHAIHOTO Pa3BH-
THEe. MACTOTO Ha OTBOpAa My KBbM I'bJTaya OCTaBa
kato foramen caecum Ha e3uka. CpegHara 4act
ce TpaHchopMHpa B CheIUHUTEIHO-ThKaHHA BPHB
MEXJy MOAe3MYHATa KOCT M KJie3aTa, a JIoJiHara
4acT ce 3ama3Ba Karo MapeHXHUMHO IMOBIEKJIO,
npencrasisgBamo lobus pyramidalis. Koraro myk-
TyC THPEOIIOCYC HE OOJUTEepUpa, ce MoydaBar
BpOACHU CPCAMHHU KHUCTHU Ha IIWATA KaTO aHOMa-
JIMM B eMOPHOHAITHOTO Pa3BUTHE.
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[TpubnusurenHo 7% oT nonmynanuaTa UMa OCTaTbK OT
nykryc Tapeoriocyc (ductus thyreoglossus remnans
DTR), karo npubmusurento 62% OT TAX MpHUTEkKa-
BaT €TOMMHMYHA THPEOUJHA ThKaH (3), MpeamnocTaBkKa
3a pa3BUTHETO HA TUPEOUICBHP3aHU TYMOPH.

[IepBUAT peructpupaH ciiydail Ha KapLUHUHOM B
KHCTa Ha MyKTyc Tupeornocyc € mpe3 1911 . or
bpenrano, karo orroraBa mma camo okosio 200
TaKWBa CITy4yau, ONIMCAaHU B MEANIIMHCKATA JIUTEepa-
Typa. CiyyauTe Ha MBPBUYEH ManuiIapeH Kapiu-
HOM B KHCTa Ha JAYKTYC THPEOIJIOCYC 3aeMaT CaMo

Introduction

The thyroid gland develops from a diverticulum
in the ventral wall of the primitive gastrointestinal
tract, in the boundary portion between the primary
mouth fossa and the pharynx. The diverticulum is
unpaired located in the median plane; it descends
downward and forward between the ventral edges
of the first and second visceral arches. As it goes
downward the glandular remnant remains con-
nected to its origin by an epithelial stalk that later
becomes lumenal and is called ductus thyreoglos-
sus. The latter obliterates before the ninth gesta-
tional week. The site of its opening to the pharynx
remains as lingual foramen caecum; the middle
part transforms into connective tissue between the
hyoid bone and the gland, while the lower part
is preserved as parenchymal stalk which is lobus
pyramidalis. If the thyroglossal duct fails to invo-
lute, it persist as midline neck cysts as congenital
anomalies in the embryonic development.
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Figure 1.

Approximately 7% of the general population
has a thyroglossal duct remnant (TGDR) with
62% of these containing ectopic thyroid tissue’,
which enables the development of thyroid-related
tumors.
The first described case of carcinoma arising in a
thyroglossal duct cyst was reported by Brentano
in 1911 with only approximately 200 such cases
described since in medical literature. The cases
of primary papillary carcinoma arising in a cyst
of TGDR are only 1-2% of all cases of midline
13



12% ot BcHYKM ciayyau Ha CpPEIMHHU KHCTU Ha
musTa. ETo 3a1o0 u qfuarnosara B OBEYETO CIydau
€ M3HEHa/Ia KaKTo 3a JIeKaps, Taka U 3a NalleHTa
Clle]] aJleKBaTHA eKCIM3Ms Ha KHUCTara Hail-uecTto
o mMetoza Ha Sistrunk.

CepuiecTByBar pa3HOINIAcUsi OTHOCHO METOAWUTE U
o0emMa Ha oInepaTHBHATa WHTEPBEHINS B TaKHBa
Clly4ad, KakTO M CHPSMO MSCTOTO Ha Bb3HUKBAaHE
Ha 3JI0KadecTBEHAaTa JaereHepanus (IbpBUYHA B
DTR wnm meTacTaTidHa OT IMIMTOBUJIHATA HKJIE€3a).
IIpencraBsMe ciydail OT MpPaKTHKaTa C MbPBUYCH
ManuiapeH KaplUHOM B KHCTa Ha AYKTYC THUPEO-
oCycC.

Marepuaiau v MeToau

[Ipencrassme mauuentka Ha T. C. Ha 38 o, onepupa-
Ha npe3 Mapt 2015 r. B Knunukara no ymHu, HOCHH
u repienn Oonectn kpM YMBAIJI ,,CB. T'eopru*
— IInosauB ¢ npenoneparuBHa Auarno3a Cysta colli
mediana. Karo Meromu 3a auarHOCTHIMpaHe Ha
3a00JISIBAHETO CM€ U3MOI3BAIM TUTUTAIHO HU3CIeI-
BaHe Ha IIWifHaTa oOmnact, yaTrpacoHorpagus u
KOMIIIOTBbpPHa ToMorpadus Ha cbuiara. M3BbpiiueHa
e oneparms o CuctpyHsk (Sistrunk). Cnen Bepudu-
LUpaHEe Ha XUCTOJOTMYHMS PE3YATAT € HalpaBeHO
CHMHTUTPA(CKO M3CiIeaBaHe Ha MIUTOBHIHA JKJIE3a.
[NanenTkara e HacoueHa kbM KnuHuka no xupyp-
THS U TIPEIIEHKA 32 TUPEOUICKTOMUSI.

IIpencraBsine Ha ciy4yas

[Ipencrassime nmauuentka Ha T. C. Ha 38 roaunwy,
XocnuTanu3uHa B KiimHKKa 1Mo yIrHu, HOCHH, T'bp-
nenun Oomectu kbM YMBAIJI ,,Cs. T'eopru™ EAJI
— IlnoBIUB ¢ omakBaHMs OT IMOSIBA HA MOAYTHHA
B o0OjacTTa Ha IUATA, KOSATO IIOCTENEHHO Hapa-
crBana. Hsma anamHe3a 3a nucdarus, apesra-
BOCT Ha miaca M (GpeOpuInTeT, KaKTO U 33 MUHAJIH
3a00JIsIBaHUs, Kacaelly IUTOBUIHATA kie3a. [Tpu
(bu3MKaIHO U3CIIeIBaHE C€ YCTAaHOBU cllabo Oones-
HEHa KUCTHUYHA (opmarus ¢ pazmepu 2.5 x 2.0 cwm,
pa3MnoNoKeHa CPEJMHHO Ha LIMATA, MTOABUKHA IIPU
npentpiiane. He ce oTkpu apyra HaxofKa mpu mpe-
iefia Ha MusTa, chOonaBaiiky nmbaaeHonaTus
Y BB3JIM Ha NIMTOBHIHATA XKJIe3a. PyTHHHUTE KPBB-
HU M3CJIE/IBaHMs ca B HOpMA.

W3Bbpiieno G6e yarpacoHOrpad)CKo H3CleBaHE U
KOMIIOTBPHA TOMOrpadust Ha IIUATa ChC CISTHUTE
pe3ynTaru:

Exorpagus: nobpe orpannueHa KucTuuHa (opma-
ust ¢ pa3mepu, GUKCUpaHu Ha exorpamarta (19.4 x
12 mm).
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neck cysts. That is why this diagnosis comes as a
surprise for both the physician and the patient after
successful excision of the cyst commonly using the
Sistrunk’s procedure.

Controversies exist in relation to the approach
and the scope of surgical intervention in such
cases regarding the site of arising of the malignant
degeneration (whether it is a primary carcinoma
in TGDR or metastatic one arising in the thyroid
gland).

We present a case of primary papillary carcinoma
arising from a cyst in thyroglossal duct.

Patients and methods

The patient (T. C.) was a 38-year-old woman
who underwent a surgical intervention in March
2015 at the Clinic of ENT Diseases in St. George
University Hospital,, Plovdiv with preoperative
diagnosis of cysta colli mediana. Neck scintig-
raphy, ultrasound and CT were used to make
the diagnosis. The operation we performed was
Sistrunk’s procedure. After histologic identifica-
tion we performed a scintigraphic examination
of the thyroid gland. The patient was referred to
the Clinic of Surgery for further evaluation for
thyroidectomy.

Presentation of case

The presented female patient was T. C., aged 38
years, admitted to the Clinic of ENT diseases at St.
George University Hospital in Plovdiv with a his-
tory of neck swelling which gradually increased in
size. There was no history of dysphagia, hoarseness
and fever, and no history of past thyroid related
disorders. On physical examination, we found a
mildly painful cyst mass measuring 2.5 x 2.0 cm
located in mid-line neck and mobile with swallow-
ing. Nothing further was found at neck examination
besides the lymphadenopathy and the thyroid gland
nodules. Routine blood tests were normal.

Neck ultrasound and CT were performed with the
following findings:

Neck ultrasound showed a well-circumscribed cys-
tic mass measuring 19.4 x 12 mm.
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1.94 cm
1.20 c»

KommrorspHa Tomorpadust Ha mms ¢ KOHTPACcTHA Ma-
Tepus: KpbIioBara Gpopmanus ¢ pazmepu 20/18 mm,
pa3MnoIOKeHa CPEIMHHO TPE] TIOIe3uYHaTa KOCT.
Haxoxnkara e ¢ Hannuue Ha OpeOHHM KanuudukaTu
u mbTHOCT 16XE:

The neck contrast CT revealed an irregular mass
(20 x 18 mm), located midline in the subhyoid
region.

The finding had micro calcifications and density
of 16 HU.

[TanpieHTKaTa O¢ MOTIOKEHA HA ONEPATHBHO Jieue-
Hue (Sistrunk).

PeynrarsT OT MaTrOaHATOMHYHOTO H3CIIEIBaHE
nokasea manmmwinpepeH KapluHOM Ha IUTOBHIHA
xie3a. Ciiel peBU3Hs Ha XUCTOJIOTHYHHS MaTepH-
all ce OIMuca MaruiapeH THPEOUICH KapuuHOM (C
[ICAMOMHH T€JIIa), KOMNTO aHraKupa CErMEHT OT
KUCTAaTa, TAUIHUPaHa C THPEOLHUTH, MPEThPIIEIN
XHUCTOJIOTHYHA AaKOMOIAITHSL.

The patient underwent the Sistrunk’s procedure.
The pathologic report showed it to be a papillary
carcinoma of the thyroid gland. The histology
report suggested a papillary thyroid carcinoma
(Psammoma bodies), involving a segment of the
cyst with thyroid epithelial cells that have under-
gone histologic accomodation.

15
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Haxonkara mo3BossiBa 000CHOBAHO IPEIIIONIONKE-
HUE 32 KapIIMHOM B KHCTa Ha TyKTyC TUPEOIIOCYC,
HO TO C€ HYX/Jae OT AONBIHHUTEIHU KIMHUYHU
apryMeHTH: TpeloNepaTHBeH exorpadcku obdpas,
W3KIIOYBAaHE Ha MIPBUYHO OTHHIIE B JKJe3ara, 3a
na ce u30erHe rpemka ¢ Majka KHCTa B MeTac-
TaTM4yHa Je3us. llpemomepaTMBHOTO exorpadcko
W3CJIeIBAHE Ha IIUATA ONMCBA CPEAMHHO TpecTa-
BEHa KUCTO3HAa (opMalusi KaTo NpU KHUCTA KOJH
menus. Cren W3BBpIICHA ramMakaMepHa CIIMHTH-
rpadus Ha mMMTOBUAHA kje3a ¢ 99 mTc mocnen-
HaTa ce TpEeACTaBM ¢ OOM4YaifHa Tomuka, (Gopma
U yMEpeHO yBenudeHu pazmepu. Dukcanusita Ha
panuoMapkepa € MHTEH3WBHA M TU(Y3HO TBBpAE
HEEeTHOPO/IHA, & KOHTYPUTE Ha JKJie3aTa — HepaBHU
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dur. 1

Figure 1. The epithelium lining the cyst

at higher magnification (). Presence

of glandular structures; their lumen
visualises papillae and presence of calcium
Psammoma bodies (—), found typically in
papillary carcinoma of the thyroid gland.

dur. 2

Figure 2. Tumor glands containing papillae;
the nuclei of the epithelial cells lining the
papillae appear bright because of the
powdered nuclear chromatin which is
another typical morphologic trait of papillary
carcinoma of the thyroid gland. Colloid

is present in some of the glands, in their
papillae and in the adjacent follicles.

This finding allowed us to make a reasonable
assumption for a carcinoma arising in a cyst of the
thyroglossal duct but some additional clinical argu-
ments were needed such as preoperative ultrasound
imaging, exclusion of a primary focus in the gland,
so that we can avoid mistaking it for a smaller
cyst occurring in a metastatic lesion. The pre-
operative neck ultrasound showed a midline cystic
mass similar to cysta colli mediana. At the gamma
camera Tc-99m scintigraphy the thyroid displayed
moderately enlarged with its typical structure and
shape. Fixation of radio marker was strong and dif-
fusely too heterogeneous, and the contours of the
gland were uneven and not sharply outlined, but no
serious defects that might definitively be associ-
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Y HEpEe3KH, HO He ce N300pa3sBaT rojneMu AeQeKTH,
KOUTO KaTerOpUYHO J1a Ce CBBpXKAT ¢ 00eMeH Ipo-
nec. [IpenBun TaHHUTE OT XUCTOJIOTHATA 33 METac-
Ta3a OT HaNWJIapeH KapuuHOM, KaTo Half-BEpPOSITHO
ce Kacae 3a MUKpoKapIuHOM. ToTaimHa Kanramms
1,3% ot eytuponnen tum (¢ur. 3).

®dwur. 3

[TanmenTtkara e HacodueHa kpbM KimHUKa 10 XUPYp-
r'vsi CbBMECTHO ¢ KiMHMKa 10 €HJOKPUHOIOTHUS 3a
MIPELECHKA 32 THPEOUICKTOMHSL.

[Ipu uHTpaonepaTuBHa EKCIIOpALUs HA LIUTOBH/I-
Hara >KJie3a, ChIIaTa Ce IMPEACTaBs MOIUHOJO3HO
M3MeHeHa. V3BbplleHa € TUPEOUIEKTOMUS C XHUCTO-
JIOTWYEH pe3yATaT — HOMO3HAa KOJOWIHA CTpyMa

(ur. 4).

St
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ated with a cancer process were displayed. Given
the evidence from histology study for metastasis of
papillary carcinoma it was most probably a micro
carcinoma. Total uptake was 1.3% of euthyroid

type (Figure 3).

. ‘ ._

Figure 3.

The patient was referred to the Clinic of Surgery
and the Clinic of Endocrinology for assessment for
thyroidectomy.

The intraoperative exploration showed the thyroid
gland to be multinodular. Thyroidectomy was per-
formed and the histology results suggested it to be
nodular colloid goiter (Fig. 4).
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[TannenTtkara e HacodeHa 3a paauiion abmanus Ha
TUPOUIHUS OCTAThK. YMECTHO € MPOCIIE/IIBaHEe OT
€HJOKPHHOJIOT MPEABH]] 3aMECTUTEIHA XOPMOHAI-
Ha Tepanus ¢ L-thyroxin.

Muckycus

HykTyc THpeomocyc ce (gopMupa mpe3 eMOpuo-
HAJIHOTO Pa3BUTHE Ha IMIUTOBUHATA XKJI€3a U 00JIH-
Tepupa OKolo 9 ceqmuua oT (peTasHoOTO pa3BUTHE.
IIpu wembnanata obOnHMTEpanus Ha IyKTyca TOU
MEePCUCTUPA KAaTO KMCTA HJIM €KTOMMYHA TUPEOUTHA
ThKaH. KaprimHomuTe Ha TyKTyC THPEOIIOCyC Ipo-
M3IU3aT OT OCTaTbK Ha mocieanus. [lanunapausr
KapuuHoM ce npezacrass B 80-90% ot cimyuaute,
KaTo TOW € Hai-4ecTO CPEeLIaHUAT XHCTOJOTHYEH
noarun. OcTaHajaWTe MOATUIIOBE — CKBAaMO3CH,
anartactuueH u Hurrtle, ce cpemar uskimounren-
HO PSIZIKO.

MenynapHusT KapIUMHOM HE € XapaKTepeH Nopaau
nurncara Ha napadomukynapau C-xinerkn B DTR.
Knuauynara kapTMHa Ha KapUMHOM B KHCTa Ha
TYKTYC THPEOIIIOCYC B ITOBEYETO CIIyYau HE Ce pa3-
JM4aBa OT Ta3W Ha CpeJuHHA IuiHA KucTa. [ua-
rHO3aTa Hal-4ecTO Ce IMOCTaBsl MOCTONEPATUBHO,
KakTo Oellie B HAIIHS CIyYai.

[Ipu mmitHa, cpeAnHHO pasnojokeHa (Gopmarys,
C TBbpJAa KOHCHCTEHLUS, CpacTHaJla C OKOJHHTE
ThKaHU WU OOBBp3aHA C JUMQaJCHONATHSI, €
YMECTHO B An(epEeHIINATHOANATHOCTHYCH TUIaH J1a
C€ MHCJIH 33 KapIIMHOM.
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Figure 4.

The patient was referred to a clinic for radioio-
dine ablation of the thyroid remnant. The patient
should be followed up by an endocrinologist as she
undergoes a hormone replacement therapy with L-
thyroxin.

Discussion

The thyroglossal duct forms during the embryonal
development of the thyroid gland and obliterates
around the 9th week of gestation. If the duct fails
to involute completely it persist as either a cyst or
ectopic thyroid tissue. The thyroglossal duct carci-
nomas usually arise in the thyroglossal duct rem-
nant. Papillary carcinoma is the most common his-
tological subtype occurring in 80-90% of all cases.
The other subtypes — squamous cell carcinoma,
anaplastic carcinoma, and Hiirtle cell carcinoma
— are very rare. Medullary carcinoma has not been
reported because of the absence of parafollicular
C-cell in thyroglossal duct remnants.

The clinical picture of carcinoma arising in the
thyroglossal duct cyst is in most cases no different
from that of a midline neck cyst. Diagnosis is most
commonly made post-operatively just like in our
case.

When we have a midline neck mass, hard in con-
sistency and fused with the surrounding tissues or
associated with lymphadenopathy, the differential
diagnosis should consider a carcinoma.
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C ynrpacoHorpadcko H3ClieBaHE KapUUHOMBT €
Bb3MOXKHO Jla C€ OIMIIEe Karo JIe3us Ha CTeHara
Ha KHCTara, MOHAKOTa C MUKPOKAIIU(HUKATH WIN
KaTo Tymop, oOxBamaml kuctuuHata creHa. KT e
JOCTHYHO MH(POPMATHBHA, 32 /1a HU J1a/ie JJaHHU 32
KanqupuKaTi B CIyyaud Ha KaplUUHOM, HaMHUpaIIH
ce OWIO TO B IIBPBUYEH KapLUUHOM B KHCTa WU
MeTcTaTuyeH JauM@eH Bb3en. Hamuumero Ha Kaj-
nupuKaTH BbB (hopMarusaTa MpH yiITpacoHorpad-
ckoto macneasane wiau npu KT moxe na Obae
cnenuduueH MapKep 3a KapIMHOM, KakTo Oeie B
Halus ciaydau.

TeuKourenara acnupanuonna ouornicust ( TAB) ce
cMsiTa 3a 0e30MacHa, JIECHO U3MbIHMMA U TIPaKTUYHA
nporeaypa. B mpoyusane Ha Maccoli (2004 1.) cb00-
marar 3a 100% ayBcTBUTETHOCT ¥ TOYHOCT Ha TAD.
(18) B mpyro nmpoyusane Ha Yang (2000 r.) auaraoc-
tuuHata TouHocT Ha TADB e camo 53%. (19).

Ot HampaBeHuUsl TUTEpaTypeH 0030p cMmsTame, ue
TADB e edexTuBeH METOA B alropuThbMma 3a Juar-
HOCTHKA Ha KapLIMHOMH B KHCTa Ha TyKTYC TUPEO-
miocyc. B Hamms ciayyait He cme uznonsBanu TAD,
KOETO CMsTaMe 3a IPOIYCK B AMarHOCTHKATA.
[Topaau orpannuenus 6poit cayyan Ha KapITHOM B
KHCTa Ha IyKTYC THPEOITIOCYC € TPYHO Ja CE u3pa-
OOTH SICEH alTOPUTHM 3a AMATHOCTHUKA U JICYCHHE.
ITo nanam ot nuTeparypHus 0030p omnepanusira 1o
CuCTpyHK € aJIeKBaTHO JICYCHHE CIICLUAIHO MNpU
MaJIKM JIe3UM W HEMHQHUITPUPAHU DPE3CKIMOHHU
JTUHUH.

Hsxon aBrOopm omoOpsiBaT TOTaqHaTta THPEOUICK-
TOMUS, JIOpPU KOraro HE € KIMHUYHO JI0Ka3aHO
aHraKUpaHe Ha IUTOBM/IHA JKJI€3a, C IPEBEHIIMS 32
MyATH(OKAITHO 3a00JI1BaHEe HA ChILATA.
JluckytaOuiieH € BBIPOCHT 3a TOTAHATA THPEOH-
JIEKTOMUSI TIPU ITbPBUYUEH KapLIMHOM B KUCTA HA TyK-
TyC TUPEOITIOCYC IIPY MHTAKTHA IIUTOBHU/IHA JKJI€3a.
Hsixou aBTopu mpenoppryBar mocTonepaTuBHa Xop-
MOHCYIIPECHBHA TepaIusl W/ WU paauiion admamus
MpU TMpeaxoKJalia TUpeouaekToMus. B Hamms
ciaydaid cinen CHCTpYHK oImepanusi ¥ HHTpaore-
paTMBHA EKIUIOpalUs Ha IIUTOBHUIHATA *KJe3a ce
M3BBPIIM TOTajHA THPEOMJEKTOMHSA, C MOCIHEN-
Balla XOpMOHMOTHCKama Tepanus ¢ L-thyroxin u
Haco4eHa 3a paguiiogalmanys.

[Iporuo3ara npu NaKMeHTy ¢ NanuIapeH KapuuHOM
Ha KHCTa Ha AYKTYC TUPEOIIOCyC € MHOro A00pa. B
npoyuBate Ha Bosch ot 102 ciyyaun camo 2 umar

On neck ultrasound the carcinoma may appear as a
mural lesion, occasionally with microcalcification,
or as a tumor invading the cyst wall. Computed
tomography provides enough information as to
calcifications in cases of carcinoma arising either
in a cyst in primary carcinoma or a metastatic
lymph node. Presence of calcifications in the mass
on ultrasound study or CT scans may be a specific
marker for carcinoma, as it was in our case.

Fine needle aspiration biopsy (FNAB) is consid-
ered a safe, easy-to-perform, practical procedure.
Maccoli (2004) reported 100% sensitivity and spe-
cificity of FNAB." Yang (2000) demonstrated only
53% diagnostic sensitivity of FNAB."

The literature review shows FNAB to be an effec-
tive method in the diagnostic algorithm of carci-
nomas in the cyst of ductus thyreoglossus. We did
not use FNAB in diagnosing our case which we
consider as a limitation of the present study.

As carcinomas arising in a thyroglossal duct cyst
have a very low incidence it is difficult to develop
a definitive algorithm for diagnosis and treatment
of this disorder. The literary review shows that
Sistrunk’s procedure is very successful therapeutic
modality especially for small lesions and non-infil-
trated resection lines.

Some authors support performing total thyroidec-
tomy even if involvement of the thyroid gland is
not clinically demonstrated which prevents this
gland to get multifocal pathology.

Total thyroidectomy in a primary carcinoma in
thyroglossal duct cyst is controversial if the gland
is intact.

In similar cases some authors recommend postop-
erative hormone suppression and/or radioiodine
ablation preceded by thyroidectomy. In our case,
after Sistrunk’s procedure and intraoperative explo-
ration of the thyroid gland, the patient was given
total thyroidectomy and then hormone suppressive
therapy with L-thyroxin and referred to radioiodine
ablation.

The prognosis for papillary TGDC carcinoma is
excellent. Bosch reported only 2 cases of metas-
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MeTacTasu B 0571 1po0 u uepeH apod. B mpoyuBane
Ha Ilaren u xon. ce oruura Haja 10-roauiiHa mpe-
xuBsieMocT 1pu 95,6% ot ciyuaute (13).
IIpeacraBsiMe BM aJTrOPUTBM, KOMTO cMATaMe
3a NPWJIOKHUM B JMATHOCTHKATA MU JIEYCHHETO
HA NaNWIapeH KapUMHOM B KHCTa Ha AYKTYC
Tupeoriocyc. (Wang)

2/2016

tases in the lungs and liver out of 102 cases. Patel et
al. found more than 10-year survival rate in 95.6%
of their cases."

The proposed algorithm is considered applica-
ble in the diagnosis and treatment of papillary
TGDC (Wang).

Thyroglossal duct remnant

Fine-needle aspiration_biopsy

Negative

YES

Positive

\

Ultrasound / Computed tomography

v

Sistrunk’s procedurc<¢

Thyroglossal Papillary
duct remnant carcinoma in a
without thyroglossal
carcipoma duct cyst
End of Evidence for
treatment invasion into
adjacent tissues
YES
+ pyramidal
NO lobectomy

L-thyroxine suppression / replacement therapy.g

carcinoma

Treatment of papillary

thyroidectomy + level

No evidence from CT / US of thyroid gland node

NO

v
Sistrunk’s operation and selective

thyroidectgmy (+ neck dissection)

Intact Thyroi‘(; gland Thyroid gland
thyroid papillary papillary carcinoma
gland + carcinoma and and papillary

papillary metastases to the thyroglossal duct
thyroglossal Delphian lymph carcinoma (or
duct node multifocal papillary

thyroid carcinoma)

Treatment of multifocal
papillary carcinoma of the
thyroid (total thyroidectomy
+ level I dissection)

carcinoma of the
thyroid (partial

VI dissection)

+ Radioiodine

Yearly follow up of the levels of thyroid
stimulating hormone and ultrasound study

3akiouenue

B 3akmrouenue, mbpBUYHMAT KapumHoM Ha DTR
e psaako cpemad. M3mom3BaHETO Ha THHKOMIVIE-
Ha acCHMpalMOHHAa OMOIICHsI IOA YJITpacoHorpad-
CKM KOHTPOJI € YMECTEH METOJ 3a IOCTaBsHE Ha
JMarHo3ara Ha ManujapeH KapLUuHOM B KUCTa Ha
OYKTYC THPEONIOCYC, KOraTo MMa CBbMHEHHE, 4Ye
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ablation

Conclusion

Primary thyroglossal duct carcinoma is rare. If
malignancy is suspected in the cyst the ultrasound-
guided FNAB is diagnostic for papillary thyroglos-
sal duct cyst carcinoma. The therapeutic gold
standard in such cases is the Sistrunk’s operation.
The thyroidectomy in such cases should be further



2/2016

KHCTara ChIbpKAa TYMOPHH KIIETKH. Ormeparusra
no CHUCTpyHK € 37aTeH CTaHAapT B JIEYEHHUETO.
TupeonnexromusiTa € perHo ja Ob/ie Mperu3upana
W CBEHTyaJIHO OTpPaHMuYEHa B Pe3eKIus Ha Jo0yc
MUpaMUIaJIAC, WK JTIOOSKTOMUs. ToTanHaTa THpeo-
HUICKTOMUS € MMPECIIOPBUYUTEIIHA, KOT'aTO UMaME MYJI-
TU(POKATHO 3JIOKAYECTBEHO AHTAKUPaHE Ha IIUTO-
BUJIHATA Jie3a. [IpocnensiBaHeTo Ha T€3U MAIIMEHTH
e exxerogHo, karo ce m3pbpmBar Y3J[ wim KT Ha

specified and possibly restricted only to pyramidal
resection or lobectomy. Total thyroidectomy is
recommended when there is multifocal malignant
involvement of the thyroid gland. The follow-up of
these patients should be annual, the patients being
given neck ultrasound or neck computed tomogra-
phy monitoring the levels of the thyroid stimulating
hormone.

msl, ¢ npociueasBane croiiHocture Ha TSH.

Jluteparypa

1.

Ipod. banramxues, Anaromust Ha yoBeka (2007)

2. Sujatha Narayana MoorthyRekha Arcot (2010) Thyroglossal Duct Cystmore than just an embryological Remnant

3. Asil Tahir, Velayuthan sankar, Zvoru Makura Thyroglossal duct cyst carcinoma in child JSCR 2015

4. Y. Wang, Q. JI, WU, D. LI, Y. ZHU, C. HUANG, Q. SHEN, Z. WANG, L. ZHANG, T. SUN. Papillary carcinoma in a thyroglossal duct
remnant. Three case reports and discussion on management. (2011)

5. Tomoyasu Tachibana,Yorihisa Orita, Masayoshi Fjjisawa , Yuya Ogawara Papillary thyroid carcinoma arising from median ectopic thyroid
with no thyroglossal duct remnant, Acta Medica Okayama (2013)

6. Nasrollh Malei, MD, Manouchehr Oranparvar Alamdari, MD, Iraj Feizu, MD, and Zahra Tavosi, MD Papillary carcinoma of thathyriglossal
duct cyst: case report

7. Mohamed Hosny Mohamed Saved, Hussein Rabie Saleh Farghaly, Fahd Ahmad Fadl Rate of thyroglossal duct remnant visualization after
thyroidectomy for differtiated thyroid carcinoma and its impact on clinical outcome of radioactive iodine (I1131) ablation (2015)

8. Dimov R., Stefanov Ch. Papillary carcinoma in Thyroglossal duct cyst

9. Cesar P. Ramirez Plaza, MD, Marta E. Dominguez, PhD, Carmen EloyGarcia carrasco, PhD, Luis Martinez Meseguer, PhD, Agustin de la
Fuente Perucho, MD Management of welldifferentiated thyroglossal remnant thyroid carcinoma: time to close the debate? Report of five new
cases and proposal of a definitive algorithm for treatment Annals of surgical oncology (2006)

10. Alexandra Chisoulidou, Paschalia K. Iliadou, Eleni Doumala, Lemonia Mathiopoulou, Maria Boudina, Maria Alevizaki Thyroglossal duct cyst
carcinomas: is there a need for a thyroidectomy? (2013)

11. Yvette Carter, Nicholas Yeutter, Hagii Mazeh Thyroglossal duct remnant carcinoma: Beyond the Sistrunk procedure Surgical Oncology
2014

12. Myssiorek D. Total thyroidectomy os overly aggressive treatment for papillary carcinoma in a thyroglossal duct cyst. Arch Otolaryngol Head
Neck Surg 2002

13. Kennedy TL, Whitaker M, Wadih G. Thyroglossal duct carcinoma: a rational approach to management. Laryngoscope 1998

14. Goepfert H. Management of welldifferentiated thyroid carcinoma presenting within a thyroglossal duct cyst (commentary) J Surgical Oncology
2002

15. Dedivitis RA, Guimaraes AV, Papillary thyroid carcinoma in thyroglossal duct cyst. Int. Surg. 2000

16. Weiss SD, Orlich CC, Primary papillary carcinoma of a thyroglossal duct cyst: report of case and literature review. Br. J Surg. 1991

17. Mazzaferri EL, Thyroid cancer in thyreoglossal duct remnants: a diagnostic and therapeutic dilemma. Thyroid 2004

21



