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IKTONMA WMTOBMAHON sKenesbl (LLIXK) — penkoe cocTosiHWe, BO3HMKalOLEe Kak aHOMarnsa passuTvs
B 9MBpUOHaNLHOM nepuofe BO BpeMs Murpaummn 3ayatka LLIXK. PacnpoctpaHerHocTb akTonuu LK
cocTasnseT 1 cnyyain Ha kaxasle 100 000-300 000 3nopoBbix niopei. OTAeNbHbIM BapraHTOM 3KTOMUK
LLIXK sBnsieTcs cTpyMa fiMuHMKa — pa3suTue TkaHu LLK B anyHmke. Cniyyamn CTpyMbl IMUHMKa OYeHb
penku, v B NefMaTpuyeckon Nonynsumum BCTPEYaloTCS eLLe pee, YEM y B3POCSbIX nauneHTos. B
nUTepaType ONM1caHo BCEro HECKOMbKO CIly4YaeB pa3BuTusa 3abonesaHns y naumeHToB MnaaLle 18 nert.
B paHHoW paboTe npuBeneH KIMHUYECKUI Criyyal pasBuUTUS ManunispHOro paka B 3KTOMMPOBAHHOM
TkaHu LLIXK y nesouku 13 net. Poantenu nauneHTKu fanv cornacve Ha Ucrnonb3osaHve nHdopmaLmm,
B TOM uncne cpoTorpachuin pebeHka, B HayuHbIX MCCeAoBaHusaX U nybnvkaumax. OCHOBHbIM METO[OM
NeYEHNsA BCEX TMCTONOrMYeCKMX NOATUNOB paka LLIXK ocTaeTcs xupypriuyeckoe BMeLLaTeIbCTBO, OAHAKO
y NauMeHTOB C OTHaNeHHbIMWM MeTacTa3aMu UCMOoSb3yeTCcs papuoioaTepanvs. B npeactaBneHHoM
KIIMHUYECKOM CIlyyae B KauecTBe afbloBaHTHOM Tepanuu Bbio BbibpaHo coyeTaHne TUPeOUA3KTOMMUM
C papuoiofTepanuei B CBA3M C HanWYMEM UMMNAHTALMOHHbLIX MeTacTa30B. 31l0KayecTBeHHas
TpaHcopMaLMa SKTONMPOBaHHOM TKaHu LLIYK oTMeuaeTcs B MCKMIOUATENBHBIX Criyyasx, MO3TOMy
CMOXHOCTW LN KNMHMLMCTA MOXEeT BbI3BaTb BbIDOP TAKTUKM Tepanuu M3-3a OTCYTCTBUS €AMHbIX
MPOTOKOSIOB IEYEHNSA AaHHOI O MaTONOrMYECKoOro cocToAHUA. Cryyait, npeacTaBieHHbI B AaHHOW cTaTbe,
AEMOHCTPUPYET KIMHWNYECKne 0CoBeHHOCTH TeueHns 3aboneBaHus, a Takke BapuaHT XMpypruyeckom
TaKTUKN 1 afbIOBAHTHOrO TIEYEHNSI CTPYMbI AVYHUKA.
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Thyroid gland ectopia to the ovary resulting
in papillary thyroid cancer with carcinomatosis

P.A. Naymushina, D.V. Shevtsov, N.G. Uskova, D.S. Abramov, D.M. Konovalov, D.G. Akhaladze, N.S. Grachev

The Dmitry Rogachev National Medical Research Center of Pediatric Hematology, Oncology and Immunology of Ministry
of Healthcare of the Russian Federation, Moscow

Thyroid gland ectopia is a rare condition occurring as a developmental anomaly during the embryonic period, when the thyroid
primordium migrates. The prevalence of thyroid gland ectopia is 1 per 100 000—-300 000 healthy individuals. Struma ovarii is
a variant of thyroid gland ectopia, defined by the presence of thyroid tissue in the ovary. Cases of struma ovarii are very rare,
and in the pediatric population they are even more rare than in adults. Only a few cases of struma ovarii in patients under
18 years have been described in the literature. Here, we present a clinical case of papillary thyroid cancer in ectopic thyroid
tissue in a 13-year-old girl. The patient's parents gave their consent to the use of their child's data, including photographs, for
research purposes and in publications. Surgery remains the main treatment option for all histological subtypes of thyroid cancer,
however patients with distant metastasis are treated with radioactive iodine therapy. In this case, as adjuvant therapy, the
patient received a combination of thyroidectomy and radioactive iodine therapy due to the presence of implantation metastases.
Malignant transformation of ectopic thyroid tissue is extremely rare, and it may be difficult for a clinician to determine the best
treatment option due to the lack of uniform treatment guidelines for this disease. This case report describes the clinical course
of struma ovarii as well as an option for surgical treatment and adjuvant therapy for this disease.
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KTOMMA WMTOBMOHON menesbl (LK) — penkoe

COCTOAHME, BO3HMKALWEe Kak aHomanus

pa3suTua B 3MOpMOHanbHOM nepuope BO
BpeMa Murpauumn 3avatka LK. PacnpoctpaHeH-
HoCTb aKkTonuu LLIXK coctaenseT 1 cnyyai Ha Kampble
100 000-300 000 3noposbix miofgeit [1]. SkTonua LXK
MOXeT NposABNATLCA B Ni06OM BospacTe, HO B Bonb-
LUMHCTBE ClyvyaeB 0BHapyKMBaeTCA B HEOHATaNbHOM
nepuope. Yalle BCero 3KTONMPOBaAHHYI TkaHb LLIXK
MOXXHO 0BHapYXWUTb N0 CPefHe JIMHUM UK naTepasnbHo
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Ha LWee, B cpenocTeHun, nog avadoparmon. OToenbHbIM
BapuaHToM 3kTonuu LXK aBnseTca cTpyMa AnyHuKa
(struma ovarii) — passutue TKaHu LXK B siMuHmKke.
CtpyMa yalle pa3BMBaETCH MO MEXaHU3My TepaToMbl,
T. €. U3 3apOogbILLEBbIX KIIETOK B NpoLecce 3MbpuoHanb-
HOrO pa3BMTMS, @ He B XOAe MuUrpauum 3avyaTka LLIXK B
ambpuoreHese. CTpyMa anuHuka coctaenseT 1% Bcex
HOBOOBPa30BaHMit AMUYHMKOB (Kak [0BpPOKaYeCTBEHHbIX,
TaK ¥ 3I0KaYeCTBeHHbIX) 1 2—4% BCcex Cry4yaes TepaToM
anuHrkos [2]. Ha gonio LLLXK oBbiuHo npuxoautcs Gonee
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50% Bceit TkaHu [3]. Manurumnsaums cTpyMbl NpoMcxoamT
npuMepHo B 5% cnyuaes [4].

CtpyMa MoxeT BbITb accoumMmpoBaHa ¢ rMnepTu-
PE030M, MO3TOMY Y XEHLUMH C nlabopaTopHbIMK NPoOsB-
nexHunsiMn 3abonesaHusa (NOBbILWEHHbIE YPOBHM T3 1 T4,
CHUYKEHHbIW YPOBEHb TMPEOTPOMHOIO FOPMOHa), Ho 6e3
dhopMrpoBaHus 306a AnarHo3 CTPYMbl AMYHUKA OOJHKEH
BbITb BKITIOUEH B AndbchepeHUMarnbHyIio AMarHocTuky [51.
BbigensioT nanunnapHyio, OoNnnKYnapHYI0, CMELLaHHYIo
hONNMKYNAPHO-NaNUANAPHYIO U MeOynisapHylo Kapuu-
HOMbI 3KTOMMpoBaHHOM LLIXK. B paHHoi paboTe npuBeneH
KIVMHWYECKUI CryYai pa3BuTUSA ManuiispHOro paka B
3KTOMMPOBaHHOM TKaHu LLIXK y neBoukn 13 net. Ponu-
TENW NauMeHTKU Janu corflaclMe Ha UCMNofb30BaHue
uHdopMaumn, B ToM uncne dotorpadumin pebeHka, B
HaY4HbIX NCCMEROBaHUAX U NyBnKaLmaXx.

KITMHWYECKUM CITYYAN

Y 0EeBOYKM C MOATBEPKAEHHBIM AMArHO30M HeWpo-
dhvbpomaTosa 1-ro Tuna BbIABMEHbI TAKXKEe TMNOXOHLPO-
nnasua n NONMAAKTUANA NPaBoM KUCTU. MaTb AEeBOYKM
TaKXe CTpafaeT rMMOXOHAPONIasnen 1 NonuEakTuImen,
0TeL, HU3KOPOCIbIA, Ha KOXe MATHa no Tuny «kodpe ¢
MOJIOKOM>, OfIHAaKO AMarHos HerpocpubpomaTosa He
BepucpuumpoBaH. B BospacTe 11 net pebeHok noctynun
B CTaUMOHAap Mo MeCTY »UTefbCTBa C OCTpor Bonbio B
»)unBoTe. BbinonHeHo onepaTtuBHOe BMeLLaTeNbCTBO B
obbeMe nanapockonuu, NeTOpCuM NpPaBoro ANYHMUKA,
SHYKITeaLmnn KUCTbI MPaBOro AMYHUKA, CaHaLMKM BpPIOLLHOM
MonocTy.

Mo paHHbIM FMCTONOMMYECKOro UCCMefoBaHUsS B
SMYHUKE OTMEUYEH POCT OMYXOSEBOM TKaHW C Hanu-
4yMeM NanuNnApHbIX CTPYKTYP, BbICTNAHHbIX OAHO-
PAOHBIM 3NUTENMEM C y4vacTkamu nponudepaumn,
dopMupoBaHMEM DOSIUKYIISIPHbIX CTPYKTYP C Hamu-
uneM KonmomaHbix Macc. ['McTonormyeckne npenaparsl
nepecmoTpeHrbl B HMUL, IFOWN um. OmMuTpus Poravesa:
B Npepenax UccrnefoBaHHOro MaTepuana BbiSBIEHbI
MPU3HaKKN CTPYMbI AUYHMKA.

B nocneonepaunoHHOM nepuone feBouka Habnoga-
flacb QETCKUM OHKOJIOrOM MO MECTY KWUTefbCTBa, pery-
NAPHO Mpoxoauna NnabopaTopHoe M MHCTPYMEHTaslbHoe
obcneposaHue:

* OHKOMapkepbl (anbda-gheTonpoTEenH, XOPUOHM-
UEeCKM 1 FoHaoTponuH yenoseka, CA-125, HE-4) 1 pas s
4 mec;

 ynbTpa3ByKoBoe uccrenosanue (Y3W) opraHos
Manoro Tasa 1 pas B 4 Mec;

* MarHuWTHO-pe3oHaHcHas Tomorpadmsa (MPT)
OpraHoB Masioro Tasa C KOHTPAaCcTHbIM ycuneHuem 1 pas
B 6 Mec.

Mo pesynbTaTtam nabopatopHoro obcrepnoBaHms
YPOBHM anbha-heTonpoTerHa U XOPUOHNYECKOr0 roHa-
OOTPOMWHa YernoBeka OCTaBafMCb B HOPME, OTMEYEHO

HekoTopoe noBbilleHne yposHs CA-125 (go 17,9 vr/mn
npu HopMe [0 15 Hr/mn).

CnycTa 8 Mec guMHamuyeckoro HabniogeHusa Ha
KOHTponbHOW MPT oTMeueHa oTpuuaTenbHas AMHaAMUKa
B BMAE MOBTOPHOIO MOSIBMEHWS NaTONOrMYECKOr0 HOBO-
obpasoBaHus B obnacTtu npaBoro sinuHuka. lMpu 3TOM
OYaroB OTHAJIEHHOrO METacTasnpoBaHWUA MO AaHHbIM
NPOBEAEHHON BM3yanu3auuu BbiBIeHO He Bbino.
PebeHoK rocnuMTannanpoBaH B OTAENEHUE OHKOMOruK
n petckon xupyprun HMUL OFOUN um. OmuTpus Pora-
yeBa 15 NPOBEAeHUs foobcnenoBaHVs M ONepaTMBHONO
neyeHus.

[eBouke BbINONHeHO obcnepoBaHne B obbeMe
Y3WM Manoro Tasa, MynbTUCNUPaAbHOW KOMMNbIOTEPHOM
TOMorpadmm OpraHoB FPyAHON KfeTKu, BpiowHOoN
MOSIOCTU U MAanoro Tasa C KOHTPACTHLIM YCUIEHWNEM U
MPT BpioLLHOM NONOCTU 1 Manoro Tas3a C KOHTPACTHbIM
YCHINEHNEM.

Mo paHHbIM Y3WM 6biNn0 MOATBEPsKAEHO Hanmmuue
0bpa3oBaHwsi Manoro Tasa: npaBblil AUYHUK NPEACTaBIIeH
obpasoBaHuneM pasmepamu 40 x 34 x 38 MM, HEOOHO-
POAHOMN CTPYKTYPbI C FUMNO- U FTMNEP3XOreHHbIM KOMMO-
HEHTOM, C HeYETKUMU, HEPOBHBIMU KOHTypammn. KpoBOTOK
He ycuneH. PonnuKyNApHbIA annapaT He BU3yanusupy-
eTcs.

Mo paHHbIM MPT natonorun opraHoB OploOLLHON
nonocTu, 3abploLIMHHOrO NPOCTPaAHCTBA WMBOTa U
Tasa, YBENMYEHHbIX IMMPaTUYECKNX Y3I0B BbISBIIEHO
He bbino. OuaroB v MHAPUNBTPATUBHBIX U3MEHEHUI B
NEerkmx, yBenmyeHHbIX numcaTnyeckux ysnos cpepo-
CTEHWS], KOPHEWN MErKMX 1 MOAMBILLEYHON 06/1acTu Takxke
He 0bHapysKeHo.

[MpaBbll AMYHMK B HUMKHEWN YaCTU C LOMOSIHU-
TefbHbIM 0Bpa3oBaHMEM C HanMuveMm CONMAHOrO U
KMCTO3HOrO KOMMOHEHTOB, MPUMEPHbLIMK pasMepamu Ao
2,7 x 4,4 x 3,1 cM (V = 19 cm®). OTMevaloTCa orpaHu-
yeHve M dy3nn N yMepeHHOEe HaKOMMEHWE KOHTPaCT-
HOro MpenapaTa B CTpyKType obpa3oBaHus. 3HauMMo
YBEMUYEHHbIX NIMMAaTUYECKNX Y3NOB Tasa He onpene-
nsetcs.

B ycnosusax HMUL OFOWN um. OmuTpua Porauesa
NPOBEAEHO XMPYpPrMyeckoe BMelLaTenbCTBO: nana-
POCKOMUS, aBHEKCIKTOMUA CMpaBa, yaalieHve o4aros
OptoLLMHBI, BPIOLLHOM MOOCTM M NOMIOCTM Manoro Tasa.
MMpn peBu3nu BpIOLLHOM MOMOCTH BbISBMEHO, YTO NOJbIe
M NapeHXMMaTOo3Hble OpraHbl BU3yasbHO HE U3MEHEHbI,
cnaeyvyHoro npotecca Het. [po3payHblii CEPO3HbIA BbIMOT
)KEeNTOBaTOro LBeTa B MOSIOCTM Manoro Tasa, 06beMoM
okosnio 20 M1 caHVMpoBaH M OTMpaBfieH Ha LMTONOru-
yeckoe uccnepoBaHue. Ha napuetanbHow bpiowwmnHe
nepegHe BPIOLLHON CTEHKM B NOANYyNoYHoM obnacTy,
nofIocTM Manoro Tasa, nokansHo B obnactu [lyrnacosa
NPOCTPaHCTBa, NO NepefHei CTEHKe MPAMON KULLKM
BK3Yyan13npoBasiMCb MHOXXECTBEHHbIE pa3HOKanvbepHble
rMnepBackynApHbIe 04Yaru APKO-KPacHoro useTa, aMame-
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TpoM ot 1 no 25 MM (onyxonessle oTcesbl?). Mo corna-
COBaHMI0 C AETCKMM OHKOSIOFOM BCE BWAMMbIE OYarm
yoaneHbl. Onyxonb yaaneHa eauHbiM 6510koM. Nocneo-
nepaLunoHHbIv nepuop npoTekan 6es ocobeHHocTeNn.

mcTonornveckn BepudnuMpoBaHa 3MoKaue-
CTBEHHas CTpyMa snuHuka (pucyHok 1). Mukpocko-
MUYECKM OCHOBHAsA YacTb TKaHWU SIMUHMKA 3aMeLleHa
TKaHbIO afbBEOSIAPHOr0 BMAA — TUPEOUAHbIMU PONIN-
KynaMu € 303UHOUNbHBIM TEMHbIM KOMMOUAOM
(pucyHok 2).

B uccnenosaHHoM MaTepuane oTMeyYanuchb Npu3Haku
3110KaYeCTBEHHOM CTPYMbl NPaBOro AnyHUKa (dponnu-
PucyHok 1

McTonornyeckoe nccnefosaHue: onyxonb OTAENEeHa
kancynon ot cTpymsl, x 100

Figure 1
Histological examination: the tumor is separated from the
struma by a capsule, x 100

R

PucyHok 2

'McTonornyeckoe nccnenoBaHne: onyxosb anbBeonsp-
HOro cTpoeHusi, x 200

Figure 2

Histological examination: the tumor of alveolar structure,
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KYMAPHbIA BapuaHT NanuinsapHOro paka — ocobas
ructonoruyeckas dopma nanunnaspHoro paka LK,
obpasytoLLasn MopdhoSIOrMUecKyio KapTUHY qIOMMKYIIOB)
C UMMNNAHTaLMOHHBIM MeTacTaTUYECKUM MopaxeHeM
BptoLwmnHbI Manoro Tasa. B Kpasx pesekuun npusHakoB
OrMyXosieBoro pocTa BbisiBNIEHO He bbino. CormacHo umTo-
FIOrMYECKOMY WMCCMEA0BAHMIO aCLMTUYECKON KNAKOCTM
OnyxoJsieBble KMETKM B CMbIBax OTCYTCTBOBasM.

Mocne nonyuyeHusi pesynbTaToB MMCTONOMMYECKOrO
M LUMTONOrMYECKOro UCCIefOBaHWA YCTAHOBEH OKOH-
yaTesibHbIN A1arHo3 «3MoKayecTBEHHas CTPyMa NpaBoro
AMYHUKa (honnuKynapHbIA BapuMaHT NanuanspHoro
paka) C MMNIaHTaLMOHHBIM MeTacTaTUUEeCKUM Nopaske-
HueM bpioLwmnHbl, ctagus 1IIC no FIGO».

PebeHKy npoBefeHa afnbloBaHTHaA Tepanusa B
obbeme TUpeoupakTomuu. o pesynbTaTtaM rucTonoru-
Yyeckoro uccrnenoBaHus Tkanu LLIXK npusHakos onyxo-
NEeBOro pocTa He 0TMeYeHo. 3aTeM MPOBENEHO 2 Kypca
pagvoioaTepanuu. B HacTosALWMA MOMEHT [EBOYKA Haxo-
[MTCS NOfJ AMHAMUYECKUM HabriogeHneM (Ha MOMEHT
HanucaHus ctatby npowno 13 Mec nocne xvpypruve-
CKOro ynaneHus onyxonu) 6e3 NMpu3HaKkoB peumavea
3aboneBaHus.

OBCYXXIEHUE PE3YJIbTATOB UCCITELOBAHUA

3MbpuoreHes

3avaTok LUK BO3HMKaeT MexAay nepsebiM U
BTOPbIM MOTOYHBIMU KapMaHaMK Y OCHOBaHWS 5i3blKa
(pucyHok 3). Ha TpeTbeit Henene bepeMenHocTH (2024~
[eHb) aHTOJEpMasibHble KMNeTKU MPUMUTUBHOW YacTw
rNOTKU nponudpepupyioT, obpasys ausepTuryn LLIXK.
HauvnHaa ¢ 5-# Hepenu BepeMeHHOCTWM AUBEPTU-
Kyl MUTpUpyeT KayaasibHO Mo CpefHel NuHWK, nepe-
CeKasi cnepeay MoAbA3bIUHYIO KOCTb U XPSiLLL FOpTaHu.
Bo Bpemsi murpaumm LYK coxpaHsieT CBSi3b C A3bIKOM
yepes LUMTON3bIYHBIA NPOTOK. B Havane ambpuoreHesa
3auaTok LLIXK nonbii, dhonnmkynel obpa3syloTcs Bo BpeMs
mMurpaumn. Pasaenenune Ha npaByio 1 NeByi0 LONW NPOUC-
XOOMT Ha 5-it Hepene BepemeHHoCTM [6].

@yHKUMoHMpYyoLWasa TkaHb LXK B MecTe, oTnnyHoM
OT e HOpPMarbHOro NpeaTpaxeanbHOro PacroNOXEHNS,
MOXET bbITb OBHApYKeHa B PasfMUHbIX JIOKanM3aLumsax
No Xo4y MUrpauuy opraHa B 3MbpuOHanbHOM nepuoge.
Mo paHHbIM NaTONOroaHaTOMUYECKUX UCCMEA0BaHUN
pacnpoCTpaHeHHOCTb KTOMMPOBaHHOM TKaHu LLIXK kone-
6netcs ot 7 0o 10% [7]. BonbLUMHCTBO Cryyaes aKTOMUM
LLIXK nuarHocTupyioT B nepBble TpY AECATUNETUS KU3HW.
MaTonorus yalle BCTPEYAETCS Y KEHLLMH.

KnuHuueckas kapTuHa

Hanbonee yacto TkaHb aKkTOMMpoBaHHOM LLIXK
BCTpevaeTcs B 0bnactu KopHs A3blka. bonee pepkune
nokanusauun — cybnvHreanbHas, nHTpaTpaxeanbHas,
cybMaHanbynsipHaa v naTepanbHas welHas. KpaitHe
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PucyHok 3
Murpaums LLK B amBpuorenese

Figure 3
Thyroid gland migration during embryogenesis
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penKo BCTpeyaeTcs nopanachparmMasnbHas nokanusaums,
BKIIOYaIOLLAsA Takne opraHbl U aHaTOMUYECKNE CTPYK-
TYpbl, Kak AUYHUKM, HAOAMNOYEUHUKN, YKENUHbIA NYy3bipb,
NoMXenynoYHas »enesa, ABeHaaLaTUNEPCTHAs KULLKa 1
BpbixKerika TOHKOM KULLIKK. TKaHb LLIXK B AMuHMKaXx, Takke
M3BECTHasA Kak CTPyMa, pasBMBaETCA MO MEXaHu3My
TepaToMbl, CopepsKaLLen TkaHb LLIXK, koTopas MMKpocko-
MMYeckun 1 BUONOrnYecKn MAeHTUYHa HopManbHo LLIXK.
CpenHuin Bo3pacT npu NOCTaHOBKE AMarHo3a CocTa.-
nsaet 45 net. 3abonesaHne, Kak npaBuno, NpoTekaeT
BeccMMNTOMHO: CTpyMa SBNAETCA CryYaHON HaXx0oKoM
npu Y3W. B bonee penkux criyyasx OHO MOMET NposiB-
nATbCA BONbI0 BHU3Y XMBOTA, HaMUMEM Manbnupye-
Moro obpa3oBaHusA UM BarMHanbHbIM KPOBOTEYEHWEM
[8]. B NpoaeMoHCTPUPOBAHHOM HaMW KITMHUYECKOM
cnyyae 3abonesaHve MaHudecTMpoBano ocTpoi abpo-
MUHanbHOM 60nbIo.

MepBuuyHas 3nokayecTBeHHas TpaHcdgopMauus
3KTOMMPOBAHHOW TKaHW LUMTOBUAHOW Kenesbl

B bonblnHCTBE CcryyaeB BCTpeyaeTcs QOMANKY-
NAPHbIA TN KapunHoMmbl LLIXK, B To Bpemsa kak nanun-
napHble dhopMbl cocTaenalT 23% [9]. ITo cooTHOLLEHMe
OTNINYAETCH OT COOTHOLUEHUS FUCTONOrMYECKUX TUMOB
onyxonen HopMasibHO pacnofiomeHHoi LXK (B aToMm
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crydae npeobnanaioT nanunnsipHbie onyxonu). B npea-
CTaBMEHHOM KIIMHUYECKOM cllyyae y pebeHka rucro-
nornyeckn BepucuumpoBaH OONMKYNAPHBIA BapuaHT
NanuInNAapHOro paka.

XOTH MOMEKYNAPHbIE MEXaHW3Mbl, y4acTBYOLLME B
pvcreresuu LLK v panbHenwen Manurunsaumm aKTonm-
POBaHHOM TKaHW MOSTHOCTbHIO HE pacLUMdpoBaHbl, Uccre-
L0BaHWA MOKasanu, YTo NPUYMHON MOryT BbITb MyTaLmu
B PerynaTopHbiX reHax passusabowenca LK. Mo
naHHbiM De Felice v coasr., dpaktopbl TITF-1(Nkx2-1),
Foxel(TITF-2) n PAX-8 HeobxoanMbl Ansi Mopdoore-
Hesa 1 andpdpeperumposkm LK [10]. MyTaumm B aTux
reHax MoryT BbITb CBSi3aHbl C @aHOMasIbHOW MUrpauven
LLIXK. TeM He MeHee 3TV BIMAHUA NPOAEMOHCTPUPOBaHbI
TOMbKO Ha YKMBOTHbIX MOAENSAX, MX BOCMPOM3BOAMMOCTb
Ha Nioasx B HACTOALLMIA MOMEHT HesACHa.

Cnyyau CTPyMbl IMYHMKA B MEAMATPUYECKON nony-
NAUMK OYEHb PELKM M BCTPEYAIOTCA pexe, YeM y
B3POC/IbIX NaUMeHToB. B nuTepaType onucaHo Bcero
HECKOMbKO CIlyyaeB pa3BuTus 3ab0/1eBaHWs y MaLUMeHTOB
mnapwe 18 net [11-13].

Tak, B pabote Iltar n coaBT. NnpencTaBneH KIMHUYe-
CKMI cnyyan neBoyku 14 net, rocnutanu3MpoBaHHOM
B CTauMoHap ¢ abaoMuHanbHbIM B60eBbIM CUHAPOMOM
[14]. Ha koMnbloTepHOIt ToMorpadoum BbisiBieHO 0bpa-
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30BaHWe Manoro Tasa. [ocne ynaneHus obpasosaHus
M TUCTONOrMYECKOro UCCefoBaHUs BepPUMLMPOBAH
[MarHo3 fobpokayecTBeHHON CTPYMbl SUYHUKA.

Cnyyai 3nokayecTBEHHOM TpaHCopMaLMK ONMyXosu
onucaH B pabote Alamdari v coaer. [15]. 3abonesanve
y neBouku 10 net MaHndEeCTMPOBANO Taxvkapamen, npu
poobcnenoBaHum Bbinl 0BHAPYXXEH CHUKEHHbIVE YPOBEHb
TUPEOTPOMNHOr0 rOpMoHa. Ha cuMHTUrpadum BbiSBIIEHO
n3bbITOUHOE HakommeHue papuomsoTona B obnactu
MpaBoro sinyHWKa. fNlocne QOCTUMKEHUA SYTUPEOUEHOMO
cTaTyca feBoyYka bbina npoonepuMpoBaHa — BbINOMHEHA
MPaBOCTOPOHHSA 0BAPUIKTOMMS. [MCTONOrNYECKM Bbis
MOLATBEP)KAEH AMArHO3 3M0Ka4YeCTBEHHO TPaHCHOPMUpO-
BaHHOM CTPYMbl AUUHMKA (TepaToKapLUHOMBI).

Mopxopbl K Tepanuu

OCHOBHbIM METOAOM FEYEHUSI BCEX MMCTONOrnye-
CKMX noatunos paka LUK ocTaeTcs xupypruyeckoe
BMELLaTeNbCTBO, OfHAKO Y NAUMEHTOB C OTAANEHHbIMU
MeTacTasaMu Ucnonb3yetcs pagvoioarepanus [16].
XviMproTepanua npu nanunnsapHoM pake LUK obnapaet
HU3KOW 3 DEKTUBHOCTBIO, NO3TOMY B Cryyae paguo-
Pe3VCTEHTHOCTM 3aboneBaHWs NpennoyTeHWe OToaeTcs
TapreTHoOW Tepanuy NnpenapaTamMy NEHBaTUHUD nnn copa-
dheHmb [16]. B npeactaBneHHOM KIMHUYECKOM Cryyae B
KauyecTBe afbloBaHTHOW Tepanuu Bbino BeibpaHo coue-
TaHWe TUPEOUIIKTOMUM C PaanoMoaTepanven B CBA3M C
HanMunem UMMNIaHTaLMOHHbIX METACTa30B.

[MocKonbKy CTpyMa AIYHMKA ABNSIETCH UCKITIOYN-
TenbHO penkuM 3aboneBaHVeM, CTaHAapTHbIe MOAXOMbI
K Tepanuu aToi natornoruu He paspaboTtaHbl [17]. B
pabote Ayhan u coaBT. nsyyanucs 178 crnyyaes CTpyMbl
y B3POC/bIX NMAUMEHTOB C 0BCYXOEHMEM Pa3fIMYHbIX
OnuMi neyeHus.

Obbem nepBoHauanbHOW onepauun uM Heobxo-
LUMOCTb afblOBAHTHOW Tepanuu 3710KauyeCTBEHHOW
CTPYMbl OCTaeTcs NpeaMeToM AncKyccuin. B nutepatype
OnucaHbl Kak BapuaHTbl KOHCEPBATWMBHON XMPYpPrumn B
LensiX CoXpaHeHus DepTUNbHOCTU, TaK U paguKasbHble
onepaumun. B uccneposanun Ayhan u coasT. He Bbino
pa3nuuuii B BbIXKMBAEMOCTW NaLMEHTOB, MEpPeHeCcLUnX
pafuKarnbHylo Onepaumio, Mo CPaBHEHMIO C TEMU, KOMY

Tabnuua

Bbin NpennoxeH bonee KoHcepBaTMBHLIN NOAX04 (0THO-
weHue puckos 1,81; p-ypoBeHb 3HauumocTu 0,155,
CTaTUCTMYECKM HesHauumo) (Tabrmya) [18].

BapuaHTaMu nocneonepauMoHHOro neyYeHns ABns-
I0TCA TOTaNlbHasi TUPEOWAIKTOMUS, papuoroaTepanus,
TUPeoCcynpeccusl, lyyeBas U XMMUoTepanus.

B uccnepoBaHum Hinshaw u coaBT. npeanoskeHa
cTpaTuduKauusa NauneHToB CO 3/10Ka4YeCTBEHHOM
cTpymoit [19]. Cynpeccusa LUK TupokcuHoM paccMma-
TPMBAETCA KaK OMUMA AN ONyXOnew HW3KOro pucka
(onyxonb, orpaHWYeHHas TONMbKO SUYHUKAMU, MeHee
2 cM, Bes rucTonornyeckux NPU3HaKoB HWU3Kon gudpcpe-
peHuupoBku). TUPEOULIKTOMUA U paguoiroaTepanus
BbInIM pekoMeH0BaHbI 419 NaLMEHTOB FPYMMbl BbICOKOIO
pucka (T. e. c oMyxonaMK, pacnpocTpaHaioWMMIUCs 3a
npenenbl SUYHUKOB UNu pasmepamu bonee 2 cM, unu c
FMCTONOrMYECKUMU NPU3HaKaMK HU3KOW andodbepeHLm-
POBKM).

BoiBogbl Ayhan u coaBT. 4aCTMYHO NMOATBEPANIIM
OaHHylo Teopwuio. VX pesynbTaTbl CBMAETENbCTBYIOT
0 TOM, YTO MOCNEONEePaALMOHHYI0 TUPEOULIKTOMMUIO U
PanMOMOLTEPANMIO MOXHO paccMaTpMBaTh NPU HanmMuumn
HebnaronpuATHLIX NMPOrHOCTUYECKUX (PaKTOPOB,
0COBEHHO B CryYae rmcToNornyeckom KapTuHbl CTPYMBb,
OT/MYHOM OT KITAaCCUYECKOro ManuinspHoro Tuna.
MIMEHHO TMCTONOrMYECKU TUN ABMSNCA HE3aBUCUMbIM
MPOrHOCTMYECKUM (PaKTOPOM. TUPeouL3IKTOMUSA U
paauoionTepanusa obecneunnu NPeMMyLLECTBO B BbIKU-
BaeMocTu 6e3 nporpeccupoBanust y 35% nauveHTos,
NepeHeCLUMX KOHCEPBATMBHYIO OMEPALMIO, XOTS AaHHble
MOKa3aTenu He JOCTUMIM CTaTUCTUUYECKON 3HAYMMOCTH
(p-ypoBeHb 3HaummocTu npesbicun 0,05) (tabnuua).
OpHako, MO MHeHWI0 aBTOPOB, MocfieonepaunoHHas
TUPEOUAIKTOMUA U paavonoaTepanus AOSKHbI BbiTb
paccMOTPEHbI B CIyYae KOHCepPBaTUBHOW XMPYPrMyecKon
TaKTUKM.

Bbi)KMBaeMOCTb NaLMEHTOB CO CTPYMOM IMUHUKA

B aHanus Egan 1 coasT. 6binm BKloyeHbl 117 nauu-
€HTOB, OCHOBHbIM DaKTOPOM CTpaTUCOMKaLMK Ha Fpynmbl
pucka bbino BeiBpaHO 3KCTpaoBapuansbHoe pacnpocTpa-
HeHue (extraovarian extension, EOE):

OTHOLLIEHME PUCKOB U p-YPOBEHb 3HAYMMOCTH BblskMBaEMOCTH 6e3 NporpeccupoBaHus B KOropTax naLMeHToB, nepe-
HeCLUMX pafMKanbHYI0 1 KOHCepBaTMBHYIO OMepaLyio Mo NoBofaY 3M0KaYeCcTBEeHHOM CTpyMbl [18]

Table

Hazard ratios and p-values of progression-free survival in the cohorts of patients who underwent definitive or conservative sur-

geries for malignant struma ovarii [18]

QaKTopr, BKJIlOYEHHbIe B MPOrHOCTUYECKYI0 MoAellb

OTHoweHne puUckos P-YypoBeHb 3HaYUMOCTHU

Factors included in the prognostic model Hazard ratio p-value
TMcTonormyeckuit TuN (ManunnspHbIi vs apyrve) W

Histologic type (papillary vs others) 3,30 (1,1222-9.748) 0.03
AnbioBaHTHas Tepanus (TOMbKO Pe3eKums MepBUYHOTO 0Yara Vs peseKLuys

MEepBUYHOTO oYara + TUPEOUAIKTOMMS + paaunoioaTepanms) 0,384 (0,087-1,698) 0.207
Adjuvant therapy (primary lesion resection only vs primary lesion resection + ’ ’ ’ ’
thyroidectomy + radioactive iodine therapy)

Tun onepaumnm (IBYCTOPOHHAS afHEKCIKTOMMS VS COXPAHEHUE 3[10POBOro

ANYHWKA) 1,81 (0,155-4,151) 0,155

Surgery type (bilateral vs unilateral adnexectomy)
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KIIWHUYECKWUE HABJNTIOAEHUA

EOE 1 — onyxomu, orpaHUyeHHble TOSNbKO AMYHUKOM;

EOE 2 - onyxonwu, orpaHnyeHHble ANYHUKOM, OHAKO
B Nnpouecce XMPYpruyeckoro BMellaTesbCcTBa Npou-
30LLIEeN pa3pbiB Kancysbl 06pa3oBaHus;

EOE 3 — nonoskuTenbHble Ta3oBble CMbIBbI;

EOE 4 — pacnpocTpaHeHue 3a npefenbl AUYHKKa, Ha
OpYyr1e opraHbl Tasa.

HoBoobpa3oBaHWUAMU BbICOKOIO pUCKa CUMTanmCb
onyxonu ¢ kateropuen EOE 3 n 4 unn ¢ MeTactasamu
B NUMdaTUYeCKne yanbl, Uan C OTAANEHHbIMU MeTa-
CTa3aMu, UNu HepaauKanbHO yaaneHHble (C nonosu-
TenbHbIM KpaeM onyxonesoi pesexuuu) [20].

K onyxonsiM MpOMEXyTOYHOr0 pucka OTHOCWIIUCH
onyxonu EOE 2 unm ¢ numMdooBacKynsipHol MHBa3WeEN,
unu Npu pasmepe onyxonu 6onee 4 cm.

Onyxomnu Hu3Koro pucka — ato onyxonu EOE 1, 6e3
nMMAIOBaCKYNAPHON MHBa3uK, MeHee 4 cMm.

MaTunetHas obwas BbIKMBAEMOCTb MaLMEHTOB
FPYNM HW3KOFO U MPOMEXYTOYHOIrO pPUCKa cocTa-
Buna 91%, naumMeHToB rpynnbl BbICOKOrO pucka — 80%
(MenomaHa HabniogeHua — 44 mec). Mpu 3TOM TOSBbKO
30% nauueHTOB rpynmbl BbICOKOrO pUCKa Nofyyanu
afbloBaHTHYIO paauoitoaTepanuio (310 6binu NpemmyLue-
CTBEHHO MaLMWeHTbI, MPOONepUPOBaHHbIE HEPaAVKaIbHO,
¢ kateropwven EOE 3 n 4, c MeTacTasamu B nuMmdpaTtnye-
CKMe Y3nbl UK C OTAaNeHHbIMKU MeTacTasamu). TakuMm
06pa3oM, NPOrHo3 y NauuMeHTOB CO CTPYMOMN ANYHUKA
BraronpuaATHbIN.

[Mo MHeHuWIO aBTOpOB, afblOBaHTHas paguononTe-
panusa OnsA NauneHTOB rPynnbl BBICOKOrO PUCKa MOXET
ynyuLwuTh 06LLyI0 BbiMBaeMocTb (pucyHok 4) [20].

3AKJIOMEHUE

XoTA cTpyMa iIMYHUKa SIBMSIETCH UCKIIOUMTENBHO
penkuM 3aboneBaHneM, ocobeHHO B monynauuy negua-
TPUYECKMX MaLMEHTOB, 3TOT AMArHO3 MOKET BCTPETUTLCS
B MPaKTWKe Bpaya-AeTCKOro Xupypra wnm Bpaya-geT-
CKOro ruHekonora. 3nokavyecTseHHas TpaHcdhopmaLms
3KTONMPOBaHHOW TKaHu LYK oTMeuaeTcs B UCKMOUn-
TesbHbIX CIy4Yasix, MOSTOMY CMOKHOCTM AN KIIMHALMCTA
MOXET BbI3BaTb BbIBOP TaKTWKM Tepanuu U3-3a OTCYT-

PucyHok 4

06LLan BbIXMBAEMOCTb NALIMEHTOB CO CTPYMOM AUYHMKA
B 3aBUCMMOCTY OT rpynnbl pucka [20]

CnnowHon nnHWen 0bo3HayYeHbl MaUMEHTbI FPYNM HU3KOro U
MPOMEXYTOUYHOIrO PUCKA, MYHKTUPHOW IMHUEN — NALMEHTDI
rpynn BbICOKOr0 pUCKa

Figure 4

The overall survival (0S) of patients with struma ovarii ac-
cording to risk group [20]

The solid line shows the 0S for low and intermediate risk patients;
the dotted line shows the OS for high risk patients

Kaplan-Meier survival estimates
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CTBWSI €QMHbIX NPOTOKOSIOB NEYEHNs AaHHOro nNaTono-
rmyeckoro coctosiHus. Cnyvai, npencTaBeHHbIN B
LaHHOW CcTaTbe, OEMOHCTPUPYET KIMHUYECKNE 0COBEH-
HOCTU TeueHns 3aboneBaHns 1 BbIbPaHHbIN BapUaHT Kak
XUPYPruyeckon TaKTUKKM, TaK ¥ agbloBAHTHOMO JIeUeHuUs
CTPYMbl siMUHUKa. Takxke B paboTe NpeacTaBneH KpaTKui
0630p BO3MOMKHbIX NMOAXOMNOB K Tepanuu, ONMCaHHbIX B
3apybexHon nutepaType. HeobxoguMmbl panbHenwne
UCCnenoBaHWa OaHHOW naTtonoruu nns paspaboTku
MPOTOKOJI0B NIEYEHUSI CTPYMbl IMYHUKA B MeauaTpuye-
CKOM NOMynALMM NaLMEHTOB.

UCTOYHUK ®UHAHCUPOBAHUA
He ykasaH.

KOH®JIUKT MHTEPECOB
ABTOpbI CTaTbi MOATBEPAMIN OTCYTCTBME KOHDIIMKTA MHTEPECOB, O
KOTOPOM HeobxoanMo CoobLLUTD.

ORCID
Konovalov D.M. ORCID: https://orcid.org/0000-0001-7732-8184
Grachev N.S. ORCID: https://orcid.org/0000-0003-0547-0899

INuTepatypa / References
1. Kim M.S., Kong Y.H., Lee D.Y. A 3.

Ciccarelli A., Valdes-Socin H.,

Bentley R.C., et al. Malignant struma

Case of Subclinical Hypothyroidism
with Lingual and Right Pretracheal
Ectopic Thyroid. J Clin Res Pediatr
Endocrinol 2015; 7 (2): 148-50.

Yoo S.C., Chang K.H., Lyu M.O,
Chang S.J., Ryu H.S., Kim H.S. Clini-
cal characteristics of struma ovarii.
J Gynecol Oncol 2008; 19: 135-8.

Parma J., Khoo S.K., Schoumans J.,
Colao A., et al. Thyrotoxic adenoma
followed by atypical hyperthyroid-
ism due to struma ovarii: clinical and
genetic studies. Eur J Endocrinol
2004; 150: 431-7.

Robboy S.J., Shaco-Levy R.,
Peng R.Y., Snyder M.J., Donahue J.,

5.

ovarii: an analysis of 88 cases,
including 27 with extraovarian
spread. Int J Gynecol Pathol 2009;
28: 405-22.

Young R.H. New and unusual
aspects of ovarian germ cell tum-
ors. Am J Surg Pathol 1993; 17 (12):
1210-24.

Pediatric Hematology/Oncology and Immunopathology

2025 Vol. 24 | Ne 11181-187



10.

11.

12.

13.

Rosen R.D., Sapra A. Embryology,
thyroid. In: StatPearls Knowledge
Base; 2019.

Sauk J.J. Ectopic lingual thyroid. J
Pathol 1970; 102: 239-45.

Zalel Y., Seidman D.S., Oren M,
Achiron R., Gotlieb W., Mashiach S.,
Goldenberg M. Sonographic and
clinical characteristics of struma
ovarii. J Ultrasound Med 2000; 19:
857-61.

Ibrahim N.A., Fadeyibi I.0. Ectopic
thyroid: etiology, pathology and
management. Hormones 2011; 10:
261-9.

De Felice M., Di Lauro R. Thyroid
development and its disorders:
genetics and molecular mecha-
nisms. Endocr Rev 2004; 25 (5):
722-46.

Moayerifar M., Koohmanaee S.,
Nakhochari A.M., Rad A.H., Dal-
ili S. Malignant struma ovarii in
an 11-year-old girl. J Pediatr Surg
Case Rep 2018; 29: 1-4.

Ezon I., Zilbert N., Pinkney L.,
Wei J.-J., Malik R., Nadler E.P. A
large struma ovarii tumor removed
via laparoscopy in a 1é-year-old
adolescent. J Pediatr Surg 2007,
42 (8): €19-22.

Makani S., Kim W., Gaba A.R.
Struma Ovarii with a focus of pap-

14.

15.

16.

17.

illary thyroid cancer: a case report
and review of the literature. Gyne-
col Oncol 2004; 94 (3): 835-9.

Iltar E., Ureyen 1., Toptas T.,
Savas M., Ceki¢ S., Uysal A. A Rare
Case: Struma Ovarii in a 14-Year-
Old Girl. J Adolesc Young Adult
Oncol 2018; 7 (1): 134-6.

Alamdari M.l., Habibzadeh A., Pak-
rouy H., Chaichi P., Sheidaei S. An
unusual presentation of a papillary
thyroid carcinoma in the struma
ovarii in a 10 year-old girl: A case
report. Int J Surg Case Rep 2018;
51: 218-20.

BonotuHa I1.B., Bnagumumposa J1.10.,
[enbruHa H.B., Hoeuk A.B., Poma-
HoB W.C. MpakTuueckne pekoMeHpa-
LMK 1O JIeYEHMIO 31I0KAYECTBEHHbIX
onyxosew ronosbl v Wen. 3rokaye-
cTBeHHble onyxormm 2021; 11 (3s2-
1): 91-106. DOI: 10.18027/2224-
5057-2021-11-3s2-06 [Bolotina L.V.,
Vladimirova L.Yu., Dengina N.V,
Novik A.V., Romanov |.S. Practi-
cal guidelines for the treatment of
malignant head and neck tumors.
Malignant tumors 2021; 11 (3s2-
1): 91-106. (In Russ.)].

PymsHues  A.l'.,  Bapdono-
mMeeBa C.P., paueB H.C., Kapa-
yyHckun A.W., Hosuukosa [ .A.
MPUHUMABI ¥ MHCTPYMEHTbI AOKa-

Bornpock! reMaTonorin/OHKONOM M 1 MMMYHONATOMOM VM B NeanaTpim
2025 | Tom 24 | Ne 1| 181-187

18.

19.

20.

3aTefIbHOW MeauuUMHbl B [ETCKOM
remaTonoruu/oHkonorun. [okTop.
Py 2015; 10 (111): 6-13. [Rumyant-
sev A.G., Varfolomeeva S.R.,
Grachev N.S., Karachunsky A.l,
Novichkova G.A. Principles and
Tools of Evidence-Based Medicine
in Pediatric Hematology/Oncology
Doctor.Ru 2015; 10 (111): 6-13. (In
Russ.)].

Ayhan S., Kilic F., Ersak B.,,
Aytekin O., Akar S., Turkmen O., et
al. Malignant struma ovarii: From
case to analysis. J Obstet Gynaecol
Res 2021; 47 (9): 3339-51.
Hinshaw H.D., Smith A.L., Deso-
uki M.M., Olawaiye A.B. Malignant
transformation of a mature cystic
ovarian teratoma into thyroid car-
cinoma, mucinous adenocarci-
noma, and strumal carcinoid: a
case report and literature review.
Case Rep Obstet Gynecol 2012;
2012: 269489.

Egan C., Stefanova D., Thies-
meyer J.W., Joo Lee Y., Green-
berg J., Beninato T., et al. Proposed
risk stratification and patterns of
radioactive iodine therapy in malig-
nant struma ovarii. Thyroid 2022;
32 (9): 1101-8.

187




