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MEPIAHWH: Ta kAivikd, aktivoypa@ikd Kai I0ToAOYIKA Xa-
PAKTNEIOTIKA Tou adapavivoPAaoTikoy Ivo-odovtwpa-
106 (AAO) NG Kdtw yvdbou €xouv TTapoUoIaoTel Kal
1600 N tagivéunon tou oo kai n diaxeipior) Tou Exouv
oulnnBel.

O dykog amotéeoe tuxaio elpnua og kopftol nAikiag |2
etwv. [Napouoidotnke WG 0APWG TIEPIYEYPAPPEVN aKT-
vodialyaon Pe AKTIVOOKIEPEG TIEPIOXEG OTOV KAASO Kal
TO OWpa NG Kdtw yvdbou, TepIBAMovTag TV PUAn tou
eykAeioTou Seutépou you@iou Kai TTPOKAAWVTAG amop-
pdenon TG yvdbou. AkolouBnoe oNikf apaipeon g
BAAPNG pe evbooTopaTKr TIPOOTIEAACH KAl TAUTOXPOVN
apaipeon tou SeUtépou povipou yopgiou. Katd ty ema-
ve€gtaon éva xpdvo apydtepa, TapatnerBnke euoioo-
yIkrj emoUAwon TG ootk PAABNG g yvabou. Ta pi-
KPOOKOTTIKG xapaktnpiotikd fitav ouppatd pe AAO.
‘Ooo n veomhaopatiki 1) N AUAPTWHATWONG PUON TOU
AAQO Karl n ox€on Tou PE Toug UMTOAOTTOUG OSOVTOVEVEIG
Oykoug Ogv €xel amooapnVIoTel, avapopES amd TANPWS
TEKUNPIWPEVA TTEPIOTATIKY, TIEPICOGTEPEG CUYKPITIKEG HeE-
AEteg petaly twv AdapavtvoPAactikoU vwpatog (Al),
Abdapavtivopiactikol lvo-odovtwpatog, Adapavtivo-
BAaotikoU Ivo-odovtivipatog (AAI) kar Odoviwpdtwy,
KaBWG kal EPEUVEG TWV PIKODOOKOTTIKWY TOUG XAPAKTNPI-
OTKWY, gival armaparnteg.

AEZEIZ KAEIAIA: odovtoyeveig dykol, adapavtvopiaot-
K6 Ivo-0ddviwua, oddvtwpa.

SUMMARY: The clinical, radiographic and histological fea-
tures of a mandibular ameloblastic fibro-odontoma
(AFO) are presented, and its classification and manage-
ment are discussed.

The tumor was an incidental finding in a |2 year-old girl.
[t manifested as a well-circumscribed radiolucency with
radiopaque areas in the ramus and the body of the
mandible, surrounding the crown of the impacted second
molar and causing jaw perforations. Following enucleation
through an intraoral access and extraction of the second
permanent molar, complete restoration of the jaw bone
was seen in the one year follow-up examination. The mi-
croscopic features were consistent with an AFO.

As the neoplastic or hamartomatous nature of AFO and
its relation to other mixed odontogenic tumors has not
been proved, reports of additional well-documented
cases, more comparative studies among AF, AFD, AFO
and odontomas, as well as studies of their molecular fea-
tures, are needed.

KEY WORDS: odontogenic tumors; ameloblastic fibro-
odontoma; odontoma.
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EIZAIQrH

O peiktol odovroveveic dykor amoteholvtal 1éoo amd
HEoEYXUPATIKA 600 kal and emBnAiakd oToixela kar Te-
PIEXOUV O€ TIOIKIAN €ktacn okAnpoUg 0SovVTIKOUG 10TOUG
(Neville kai ouv. 2016). 2Uppwva pe v Katdragn tou
Maykdopiou Opyaviopou Yyefag (I.0.Y.) yia v ta§)-
vopnon twv Oykwv Kepahrig kar Tpaxrihou tou 2017
(El-Naggar kai ouv. 2017), n katnyopia twv peKtdv
odovtoyeviv Oykwv TrepihapBdvel To adapavtivoBAact-
K6 fvwpa (Al), Tov apxéyovo odovtoyevr| dyko, To 00v-
WA Kal Tov odoviivoyevr] QYKo Je KUTtapd @avtdoua-
ta. ‘Oykol ou amotedolvtal anmd kuttapoPpifr] pugw-
HaTwdn ouVOETIKS 10TS TToU HOIALE! pe TNV odovikr On-
A, adapavtvoPiactikd embrihio Tou poidlel pe v
odovtikr tavia rj pe mpddpopa otddia avdmmuéng tou
opydvou g adapavtivng, kai and odovtivn 1} and
odovtivn kar adapavtivn, émwg yia mapddelypa to ada-
pavtivoBAactiké ivo-odoviivwpa (AAl) kar to adapav-
TvoPhactikd vo-oddéviwpa (AAO), avtiotoixa, e€aipé-
Bnkav and v véa ta&vépunon kar Bewpolvial cuvwvu-
Ha pe apxdpevo, wpldlov r avarmmuoodpevo oddviwpa
(El-Naggar kar ouv. 2017). H dmoyn autr, wotdoo, dev
efval kaBohikd amodexty.

BAGBeg pe pikpookorikd xapaktnpeiotikd AAO anote-
Aouv 1o |-5% twv odovtoyeviv dykwv (Siriwardena kai
ouv. 2018) kar avaokdmmnon ouykévtpwoe 2 |5 mepiotat-
K& Tou éxouv avaeepBel péxpl to 2016 (Chrcanovic kai
Gomez, 2017), evw 9 emmAéov 1otomiabooyikd Tekpnpiw-
péva Tepiotatkd éxouv Tpootebel oty ayyAopwvn PI-
BAoypagia péxpr ofpepa (Ribeiro kar ouv. 2016, Singh
kai ouv. 2016, Ghandehari-Motlagh kar ouv. 2016, Kufta
kai ouv. 2017, Mashhadiabba kar ouv. 2017, Melo Filho
kai ouv. 2017, Kale kar ouv. 2017, Aly kar ouv. 2018, Scott
kal ouv. 2018). To AAO epoaviCetal kuping wg evdo-
ootk BAGPN, ev unidpxouv Kal OTTAVIEG TIEPITTTWOEIG TTe-
pipepikav AAO. Emmpdobeta, mapatnpeftal pikpr| mpo-
Tiunon oto avopikd U0, peyaAn ouxvaTnta TPOOBOAS
ot SUo Tpwteq Oekaetieg TG (WG, YE OPIoHEVa TTEPI-
otaukd oe nAiKiwpévoug aoBeveic, kabwg erfong kai Tpo-
Tipnon oug omicBieg mepioxég TG Kdtw yvdbou
(Chrcanovic kai Gomez, 2017), cuviBwg otnv mepiox
ToU TMPWToU Kal deutépou yoppiou (Buchner kai ouv.
2013). Khvikd, to AAO epgaviCetal wg avaduvog kai ap-
yd peyeBuvdpevog OyKog TToU UTTOPE va TIPOKAAEDE!
ootk TapapépPwon Kal ACUPPETPIa ToU TTPOCWITOU
(Buchner kai ouv. 2013, Chrcanovic kar Gomez, 2017).
Axtivoypagikd, ta AAO ouvriBwg Teplypd@oval wg po-
VOXWPEG aktivodIauydoelG e aKTIVOOKIGOEIG TTOIKIAOU
dlapetprjuatog, PeyéBoug, oxXruatog kai mukvatntag. Ei-
val Tieplyeypappéva kal ouviBwg ouoxetiCovtar pe OovT
iou dev éxel avateihel (Buchner kar ouv. 2013, Chrcanovic
kal Gomez, 2017). To péoo péyebog evog AAO eivar Tre-
pfrou 3,642 2ex. (Chrcanovic kai Gomez, 2017). Opiopé-
va replotatikd eivar mbavév va avakaiugBouv tuxalia ka-
Td TOV aKIVOYPAPIKS €AeyXO TTOU TIpaypatomoletal yia

Mamavtwvdrou A. kai ouv./Papantonatou L. et al.

INTRODUCTION

Mixed odontogenic tumors are composed of both mes-
enchymal and epithelial elements with varying amounts
of dental hard tissues (Neville et al. 2016). According to
the 2017 World Health Organization Classification of
Head and Neck Tumours (El-Naggar et al. 2017), this
group includes ameloblastic fibroma (AF), primordial
odontogenic tumor, odontoma, and dentinogenic ghost
cell tumor. Tumors composed of dental papilla-like cel-
lular myxoid connective tissue, ameloblastic epithelium
resembling dental lamina or early developing enamel
organ, dentin or dentin plus enamel, i.e. ameloblastic
fibro-dentinoma (AFD) and ameloblastic fibro-odontoma
(AFO), respectively, were discarded as distinct entities
and considered synonymous to early stage, maturing or
developing odontomas (El-Naggar et al. 2017). This view,
however, is not unanimously accepted.

Lesions with the microscopic features of AFO represent
[-5% of odontogenic tumours (Siriwardena et al. 2018)
and a review identified 215 cases reported until 2016
(Chrcanovic and Gomez, 2017), while 9 pathologically
documented cases have been added in the English-lan-
guage literature since today (Ribeiro et al. 2016, Singh et
al. 2016, Ghandehari-Motlagh et al. 2016, Kufta et al.
2017, Mashhadiabba et al. 2017, Melo Filho et al. 2017,
Kale et al. 2017, Aly et al. 2018, Scott et al. 2018). AFO
is mostly an intraosseous lesion and there are rare cases
of peripheral AFOs. It shows a slight male predilection, a
high prevalence in the first two decades of life, with some

Eic. I: ESwotopatikr khvike eikdva. ‘Hra 8idykwon otnv mepioxr) TG ywviag g kdtw yvdbou Kahu-
Tépevn and @uoloAoyiké Sépua.

Fig. I: Extraoral clinical presentation. Mild enlargement at the angle of the mandible covered by nor-
mal skin.
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Eik. 2: Akuivoypagikr| ameikévion tou
6ykou, a) H mavopapikr aktvoypagia
katadeikvUel pia Kahd Tepiyeypappévn
aktivodialydon pe aKUVOOKIEPES
TIEPIOXEG akavoviotou pey€Boug Ka
OxAHatog, ou TepIBAMer T pUAN Tou
eyKkheiotou deutépou youpiou, B) CBCT,
eykdpoia topr, drou @aivetai n
S16yKwon Tou Tapeiakoy TETdhou Tou
oupmayoug ootoy, y) CBCT,
tpiodidotatn ameikdvion, étou
avadeikvietal n anoppd@enon oto
omaoBoydueio Tpfywvo Kar oty
axkpolopia g kdtw yvdbou otnv
TTeploxr] Tou SeuTépou yopupiou.

Fig. 2: Radiographic presentation of the
tumor, (a) Panoramic radiograph shows a
well-circumscribed radiolucency with
radiopaque areas of irregular size and
shape, surrounding the crown of the
impacted second molar, (b) CBCT, sagittal
view, shows expansion of the buccal
cortical plate, (c) CBCT, 3D-
reconstruction, reveals perforations in the
retromolar trigone and the mandibular
ridge of the second molar.

T Sigpedvnon g EMeIPng evog doviol 1 katd Ty Ka-
tdption oxediou Beparmeiag yia opBodoviikolg Adyoug
(Buchner kai ouv. 2013, Chrcanovic kar Gomez, 2017).
Amoppdenon twv PILWV TwV EPTTAEKOPEVWY SOVTIRV 1
anmopPd@nan ToU CUPTIayoUG 0oTikoU TIETAAoU €xel ava-
eepBel oto 20,1% kai 27,3% twv AAO, avtiotoixa
(Chrcanovic kar Gomez, 2017). ©gpareia ekhoyrig aro-
TeAel ) ouvtneEnukr agaipeon g PAARNG, kai or urotpo-
TéG eivar omdvieg (Chreanovic kai Gomegz, 2017).
Mapouocidlovtal Ta KAIVIKE, aktivoypa@ikd Kal I0ToTa-
Boloyikd xapaktnplotikd evog AAO g kdtw yvdBou
o€ kopftol nAikiag 12 ety kar oudntdtarl n tagivopunon
Kal QVTIJETWTION TOU.

ANA®OPA MEPINTQXHZ

Kopftor 12 etyv mapamépebnke amd tov opbodovtikd
NG VI KXEIPOUPYIKH 5aywyr| OUO eyKAEITTWY YOU®IWV.
To oikoyeveiakd Kar 1atpikd 10topikd TG aoBevoug Atav
ehelBepo kal dev umrjpxe kdmola avtévoeign via Tig ou-
vriBeig odovtiatpIkég TTRAEEIC.

H e€wotopatikr e€€taon €dei&e Ama didykwaon otny Te-
ploXr| NG ywviag g kétw yvdbou &eid, n omoia rjtav

Tdépog 20, No 3,2019/Vol 20, No 3, 2019

cases manifesting in older patients, and a preference for
the posterior mandible (Chrcanovic and Gomez, 2017),
usually the first and second molars area (Buchner et al.
2013). Clinically, AFO presents as a painless and slow-
growing tumor that may cause bone deformity and facial
asymmetry (Buchner et al. 2013, Chrcanovic and Gomez,
2017). Radiographically, AFOs are usually described as
unilocular radiolucencies with radiopacities of varying ex-
tent, size, shape and intensity. They are circumscribed
and are commonly associated with a non-erupted tooth
(Buchner et al. 2013, Chrcanovic and Gomez, 2017). The
mean size of an AFO is 3.6£2.2 cm (Chrcanovic and
Gomez, 2017). Some cases may be discovered inciden-
tally on routine radiographic examination, performed due
to a missing tooth or during orthodontic planning (Buch-
ner et al. 2013, Chrcanovic and Gomez, 2017). Resorp-
tion of adjacent teeth roots or cortical bone perforation
has been reported in 20.1% and 27.3% of AFO, respec-
tively (Chrcanovic and Gomez, 2017). Conservative re-
moval is the treatment of choice, and recurrences are
rare (Chrcanovic and Gomez, 2017).

We present the clinical, radiographic and histological fea-
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okAner otnv YnAdenon kar kaAutredtav and euaiohoyi-
k6 &éppa (Eix. 1). O evbootopatikdg €heyxog amokdAu-
Pe EMepn Tou Seutépou Kal TPIToU Povipou yopgiou
oto Se§16 NuIoPIo TG KAtw yvdbou, evw o TIPWTOG
yoH@iog eixe avateilel pualooyikd. Avayvwpiotnke Ama
S1dykwon otnv Tapeiakr] avAaka tng meploxng tou Oe-
€loU Seltepou kdtw you@iou KaAUTTdpevn amd @uoio-
Aoyikd BAewwoydvo. Aev mapatnerBnkav anmoppdenan
Tou 0otoU 1 veupoloyikd onpeia and to Tpidupo velpo.
O éheyxog pe mavopapikr aktivoypagia (Eik. 2a) katé-
Seibe 0apwg Mepiveypappévn aktvodialyaon e akt-
VOOKIEPEG TTEPIOXEG AKAVOVIOTOU OXAPATOC Kal peyE-
Boug. KatahdpBave turjpa tou kKAGdou Kal Tou o)patoq
NG Kdtw yvabou Oe€id kar epIEBaMe v pUAN Tou ey-
KheioTou Seutépou yoppiou. Aev TTapatnerBnke amop-
pdpnon otig PiCeg Tou TIPWTOU youpiou. To oméppa tou
Tpftou youpiou éherre, o avtiBeon pe Toug umdAormoug
TPITOUG YOU@IOUG, Twv OToiwy Ta oTIéppAta Atav opatd.
H umoloyiotikr] topoypagia kwvikig déopng (CBCT)
amokdAUPE pia OXeTIKA 6apws TTEPIYEYPAUHEV AKTIVO-
Siatyaon pe dIaKPITEG aKTIVOOKIAOEIC, TTOU KataAdppave
v mpdobia mepioxr} Tou kKAddou otn Se&id Mheupd NG
Kdtw yvéBou. H BAAPN opioBetoulvtay améd to €ow yva-
Biafo tpAua, v Mpdobia meupd Tou kKAGSOU, ToV TTPW-
TO POVIHO YOp®io, TNV KATWTEPN TTEPIOXT] TNG HNVOE-
S0UG eviopng Kal TO avWTEPO TOXWHA TOU TTOPOU TOU
kdtw @atviakou velpou. Emiong mepiéxhele T pUAn tou
Seutépou yoppiou kai eixe mMokANBel Sidykwaon Kar Aé-
TTTUvVon Tou Tapeiakoy cupmayoug ootou (Eik. 2B), dnwg
akdpn kar anoped@Enon tou omoboyou@iou TPIVHVOU
Kal TG akpohogiag otnv TepIoxr| Tou Seutépou youpiou
(BEix. 2y). H péyiotn eyyic-dnw didotaon rjtav 3 ek, n
riapelo-yA\wooikr didotaon 1,5 ek, kal n péyiotn Katako-
puen améotaon 3,2 eK..

Me tnv mBavr| didyvwon ouvBEtou odoviwpatog f eva-
oPeotiolpevng odovtoyevoug kiotng (kiotn tou Gor-
lin), mpayuatomoiBnke oAikr e€aipeon g PAGPNG pe
evdOOTONATIKY TIPOOTIEAQON UTTO TOTTIK avaioBnoia tou
kdtw @atviakou veupou. la v mpooméiacn diavoix-
Bnke ootikd mapdbupo mapeiakd (Eik. 3). O deltepog
HOVIHOG Yoppiog agaipgbnke dBiktog, emeidr| n BAGPN
mepiékheie €€ ohokAjpou T pUAn tou. O peteyxeipnt-
KOG EAeyx0G ATaV PUOIONOYIKOG Kal H€Ka HEPEG apydTe-
pa 1 €MOUAWON evOOOTOPATIKG ixe OAOKANPWOET.

O dykog poviporoiiBnke oe udatikd dildhupa oudete-
pNG @oppoAng 10%. Makpookorikd, Atav Kahd Tepiye-
YPAPEVOG, pe Aefa empdvela, okhnpoghacTikr) ciotacn
kal péyebog 3,5x3x| 5ex. (Eik. 4). Ze diatopr|, avayvwpi-
OTNKav OKANPEG TIEPIOXEC KaBioTwvtag avaykaia tnv
arnaofeotiwor] toug. Mikpookorikd (Eik. 5), To peyahd-
TEPO PEPOG TOU BGyKou amoTeefto amd unmdoTpwa KUT-
TapoPpiBols puEwuatwdoug ouvdetikoU Iotou kar ada-
pavtivoBAactikd emBrNio. To emBrilio, oxnudtile xop-
6€¢ amoteholpeveg and dUo otoIfddeg TAoOANOEIdWG
SiateTaypévwy KUNVOPIKWY KUTTdpwv He avdotpopn TTo-

Eik. 3: Aleyxeipnukr] khivikr| eikéva. Aiakpivetal o dykog mou
agaipeital péow mapeiakol ootikoU Tapdbupou.

Fig. 3: Intraoperative clinical picture. The tumor is excised through a
buccal osseous window.

Eik. 4: Makpookorikr eikdva. O dykog eival Kahd TrepIyeypaupEVOG,
ue Aefa emdveia kar péyebog 3,5x3x 1,5 k.

Fig. 4: Macroscopic picture of the tumor. It is well-circumscribed,
with soft surface and measures 3.5x3x1.5 cm..

tures of a mandibular AFO in a |2-year old girl, and dis-
cuss its classification and management.

CASE REPORT

A 12 year-old girl was referred by her orthodontist for
“surgical extraction of two impacted molars”. The family
and medical histories of the patient were non-contribu-
tory, and there was no contraindication for routine den-
tal procedures.

Extraoral examination showed mild enlargement of the
right angle of the mandible that was hard on palpation
and covered by normal skin (Fig. ). Intra-oral examination
revealed absence of the right side second and third per-

Apxeia EMnvikrg Ztopatikrig & NvaBompoowrikrig Xeipoupyikrig/
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™ gerind a b
Eik. 5: Mikpookorikr eikéva tou dykou. a) AdapavuvoBiactikd
emBrihio (patpa onpeia) kar dUo pdleg amotehoUpeveg amod
odovtivn kai adapavtivn (DE) oe umdotpwpa kuttapoPpifolg
puEwpatwdoug ouvdeTikoU Iotou. Alakpivetal n vwdng kaya (FC).
B) Xopdég kar vnaoideg amd adapavuvoBiactikd emBiN) oe
umdoTPWHAa KUTIAPoPPIBols PUEWNATHEoUG CUVOETIKOU I0TOU O
(xpwyon aipatouAivn — nwaivn, apxikr peyébuvon x4 kai x |10,
avtiotoIxa).

Fig. 5: Microscopic picture of the tumor. (a) Ameloblastic epithelium
(dark spots) and two masses composed of dentin and enamel (DE)
on a cellular myxoid connective tissue stroma. The fibrous capsule is
discerned (FC). (b) Cords and nests of ameloblastic epithelium on a
cellular myxoid connective tissue stroma (hematoxylin and eosin
stain, original magnification x4 and x10, respectively).

Awaon tou Tuprva, f and vnoideg amoteAolpeveg anod
emonAio Tou €polade e tn Siktuwtr) otolfdda tou op-
ydvou tng adapavtivng, mou mepiBaldtav and embn-
Nakd kittapa e nacoaroeidn didta&n. Emiong avayvw-
piotnkav o 0apwg oploBetnpéves PAles orANPWY
oSoVIIKWV 10TWV TTou anoteholvio amd odovtivn Kal
adapavtivn. H BAGBN Atav oagwg mepiveypappévn kai
mepiBardtav and diakprtr| Ivadn kdga. Ta pikpookoTTka
xapakmplotikd fitav oupPatd pe AAO.

Aekaoxtey drveg petd amnd v apaipeon g BAGPNG dev
TiapatnpErenKkav onyeia umotpoTAG Kai n emoUAwon Tou
eMeippatog g yvdbou khivikd (Eik. 6a) kai ameikovioT-
ka (Eik. 6B, 6y, 68) rfjtav M\eng, pe mARen diatipnon
NG aIoBNTKSTNTAG ToU KATW PATVIaKoy VEUPOU.

Tdpog 20, No 3,2019/Vol 20, No 3, 2019

manent mandibular molars, while the first molar was nor-
mal. There was mild buccal expansion of the vestibule in
the area of the right lower second molar that was cov-
ered by normal mucosa. No bone perforation or neuro-
logical signs related to the trigeminal nerve were noticed.
Panoramic radiograph (Fig. 2a) showed a well-circum-
scribed radiolucency with radiopaque areas of irregular
size and shape. It occupied part of the ramus and the
body of the mandible, and surrounded the crown of the
impacted second molar. No resorption of the root of
the first molar was evident. The germ of the third molar
was missing, in contrast to those of the other three third
molars that were visible. Cone beam computed tomog-
raphy showed a relatively well-circumscribed radiolu-
cency with discrete radiopacities, occupying the anterior
area of the right mandibular ramus. It was delimited by
the mandibular foramen, the anterior border of the
ramus, the first permanent molar, the inferior area of the
mandibular notch, and the upper wall of the mandibular
canal. It encompassed the crown of the second molar
and caused expansion and marked thinning of the buccal
cortical plate (Fig. 2b), as well as perforations in the retro-
molar trigone and the mandibular ridge of the second
molar (Fig. 2¢). The maximum mesial-distal dimension
was 3 cm, the buccal-lingual dimension .5 cm and the
maximum vertical dimension 3.2 cm.

With the provisional diagnosis of a complex odontoma or
a calcified odontogenic cyst (Gorlin's cyst), enucleation of
the lesion through an intraoral access was performed under
local inferior alveolar nerve anesthesia. The lesion was
reached through a buccal osseous window (Fig. 3). The
second permanent molar was removed intact, as its crown
was totally enclosed by the lesion. Postoperative course
was uneventful and 10 days later healing was complete.
The tumor was fixed in 10% buffered formalin. Macro-
scopically, it was well circumscribed, had a soft surface
and elastic to hard consistency, and measured 3.5x3x1.5
cm (Fig. 4). On sectioning, hard areas were recognized
necessitating decalcification. Microscopically (Fig. 5), it
was mostly composed of a cellular myxoid connective
tissue stroma and ameloblastic epithelium. The later
formed bilayer strands of columnar cells in a passaloid
arrangement with reverse nuclear polarity, or nests
composed of stellate reticulum-like epithelium sur-
rounded by cuboidal to columnar epithelial cells with
passaloid arrangement. Two well defined masses of den-
tal hard tissues composed of dentin and enamel were
recognized. The lesion was well-circumscribed by a dis-
crete fibrous capsule. The microscopic features were di-
agnostic of AFO.

Eighteen months since excision there are no signs of re-
currence clinically (Fig. 6a), or radio-graphically (Fig. 6b,
6¢, 6d), and complete restoration of the jaw bone with
full preservation of the inferior alveolar nerve function is
present.
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2YZHTHZH

To AAQO elvar pia apeireydpevn ovidtnta, kKabwg oup-
Qwva pe TIG emKpatéotepeg Bewpieg propei va BewpnBef
w¢ Eexwplot ovtdtna (Nelson kar Thompson, 2014,
Neville kar ouv. 2016) 1| mpwipo otddio wpipavong ava-
oo PEVOU 0doviwpatog, dpa audptwua (Slootweg
1981, Philipsen kar ouv. 1997, Wright kar Vered 2017,
Speight kai Takata 2018). H dmoyn éu to AAO orig «re-
PICOGTEPEG TIEPITTWOEICY efval «TOAVATERO va amoTeNe!
HEPOG TOU (ACHATOC TWV IOTOAOYIKWY QAAAywV TTou
aravivial og €va avartuooOpEVO 0dOVIwd, OUVBETO
i oUpmAexto, uioBetriBnke otnv tagivéunon tou M1.0.Y.
(El-Naggar kar ouv. 2017). AMor ouyypageic Bewpoiv
TIWG UTTdpXouv SU0 OVISTNTEG e TAPOHOIA HIKPOOKOTTI-
Kkd xapaktnpiotikd (Slootweg 1981, Gardner 1984, Buch-
ner kai ouv. 2013), éva vedmiaopa mou eugavidetal wg
EUPEYEBNG GYKOG, O OTTIOI0G TIPOKAAEN KATAOTPOPH TOU
TiEPIBAMOVTOG 00TOU Kal TwV PICWY TWV EUTAEKOHEVWY
Sovtiwy, Kal éva apdpTwpa mou TTapoucIdletal WG HIKPOG
AOUNITIWHATIKOG OYKOG, O OTToIoC TTEPIBANMEI TN HUAN €y-
khefotou dovtiou (Buchner kai ouv. 201 3). Qotdoo, mpé-
TIel va onpeiwBel ot undpxouv avapopég pikpwv AAO

Eik. 6: Emave&éraon | xpdvo petd, a) Khvikr eikdva émou
Siakpivetar mfjpng emotiworn), B) Mavopayikr aktivoypaeia,
y) CBCT, eykdpoia topr), kar 8) CBCT, tpicdidotatn
arreikdvion, étou @aivetal n mAeng anokatdotaon

ToU 00TIKOU EMElppaTtog g yvdabou.

Fig. 6: One-year follow-up, (a) Clinical examination shows
complete healing, (b) Panoramic radiograph, (c) CBCT,
transverse view, and (d) CBCT, 3D-recontruction, shows
complete restoration of the jaw bone.

DISCUSSION

AFQO is a controversial entity that according to the pre-
vailing theories may be considered as a distinct entity
(Nelson and Thompson, 2014, Neville et al. 2016), or as
an early-stage of a developing odontoma, therefore a
hamartoma (Slootweg 1981, Philipsen et al. 1997, Wright
and Vered 2017, Speight and Takata 2018). The view
that AFO in “most cases” is “most likely” part of the
spectrum of histological changes seen in a developing
odontoma, either complex or compound, was adopted
in the WHO classification (EI-Naggar et al. 2017). Other
authors suggest that there are two entities with similar
microscopic features (Slootweg 1981, Gardner 1984,
Buchner et al. 2013), a neoplasm manifesting as a large
tumor with destructive effects on the surrounding bone
and adjacent teeth roots, and a hamartoma, presenting
as a small asymptomatic tumor overlying the crown of
an impacted tooth (Buchner et al. 2013). It should be
noticed, however, that there are reports of small AFOs
(Chrcanovic and Gomez 2017) and “giant odontomas”
(Park et al. 2018), making the size of the tumor as an in-
sufficient criterion for its classification as a neoplasm or
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(Chrcanovic kar Gomez 2017) kar «yiydvtiwv odoviwd-
vy (Park kar ouv. 2018), kaBiotwvrag to péyebog Tou
OYKOU QVETIAPKEG KPITAPIO YIA TOV XAPAKTNPICHO TOU WG
vedmhaopa A apdptwpa. O dykog mou mapoucidletal
TIapandvw fTav eupeyEdng Kar TPokdAeoe SIGyKwan Tou
ootou kai didtpnon, pia Pioloyikh cuprepipopd mou
oupPBabdicel mepioodtepo e €va vedTAdopa f e pia «ve-
omAacpatiky popery evog AAO (Buchner kar ouv.
2013). EmmpooBétwg, To TPARA Twv OKANPWY 080VTIKWY
lotv Sev katahdpPave peydAo pépog tng PAAGBNG, oe av-
TBeon pe éva oupPatikd oddviwpa.

Ta Al, AAl AAO kai To avarmuoodpevo odéviwpa pol-
pdCovtal TOMEG oPOISTNTEG OTa KAIVIKE TOUG XAPAKTn-
piotikd (Gardner 1984, El-Naggar kai ouv. 2017) kai ma-
pdAo Tou dev eival elkolo va diakpIBouv HIKPOOKOTTIKY,
10 AAl kai to AAO poidlouv Tiepioodtepo pe to Al, v
TO QVATTIUCOOHEVO 0OOVIWHA HOIALEl JE QVaTTUOOOE-
vo odovtiké oméppa (Reibel kai ouv. 201 [, Silva kai ouv.
2019). H €&éNEn evég AAO oe oddvtwpa dev pmopel
va TekunPIwOel TARPWG, kKabwg n TeNikr Sidyvwon anartel
e&aipeon tou dykou. Or Zeng kai ouv. (Zeng kai ouv.
2012), avaoépouv mepiotatikd eEaipetikd eupeyEBoug
AAQO og avdpa nhikiag 47 etwv, To omoio TTapdAo Tou
miapapeNionke yia |5 xpdvia, dev wpipace mepartépw oe
oddvtwpa. 2tnv avaokémor toug o Chrcanovic Kkai
Gomez (Chrcanovic kai Gomez 2017) avépepav mwg oe
| amd 10 mepimwoeig unotponwy AAO Bpébnkav pi-
KOOOKOTTIKA xapaktnplotikd adapaviivoBAactikoy ivo-
odpkapatog, 5 ota 10 mepiotatikd umotpormiacav wg
AAQO, evi) Ta undroima 4 ota 10 mepiotatkd wpipacav
Tepatépw og oUvOeta odoviwpata. AnwAeia etepolu-
ywtiag (LOH) Bpébnke oe éva mepiotatikd AAO (Galvao
kal ouv. 2012), evey petald&eic BRAFVEOOE mou efva
ouvriPeig ota adapavivoBAacTOHAta, avixveltnKav oe
6 and ta 18 AAO (Brunner kar ouv. 2018) kar oe | amd
I AAI (Lucio kai ouv. 2013). Qotdoo, oI mAnpopopieg
mou eivar diabéoipeg péxpr otypng, Sev umootnpiCouv
v droyn Ot GAol o1 GYKOI PE HIKPOOKOTTIKA XAPAKTN-
piotikd AAO Ba mpémel va Bewpolvtal wg pépog Tou
(Aopatog evog avarmuoodpeVoU 0dOVIWHATOG.

‘Omnwg Kal To CUYKEKPIPEVO TIEPICTATIKS, N AKTIVOYPd-
oIk dilapopikr) didyvwon TepIAapBdvel pIKtég aktivodi-
QUYAoTIKEG/aKTIVOOKIEPEG odovtoyeveic BAABeG, dmwg
v evaoPeotiolpevn odovioyevr KUotn, to oUvBeTo
0ddévtwya, Tov evaoPeotiopevo embnAiakd odovtoyevr
dyko, Tov adevopatoeidry odovroyevr dyko (Lucio kai
ouv. 2013), énwg emfong kai to ooteomold Vwpa.
Oepareia exkhoyrig Tou AAO amotelel n ouvinenuky
xelpoupyikr| e€aipeon (Buchner kai ouv. 2013). H BAGPN
ouvibwg Siaxwpietal elkorha amd 1o mepIBaMov
oatoly, yeyovdg Tou ogeiletal oto &t n BAGPN mepl-
BdMetal amd kdya, eve oe TTEPITTOOEIC eUpeyEBwY BAa-
Bav, Ba mpémel va divetal mpoooxr| atov kivouvo ooTi-
KkoU katdypatog (Lucio kai ouv. 2013). Aev undpxel opo-
Qwvia yia tnv tixn tou dovtiol fi dovtiwv Tou oxeTiCov-
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an hamartoma. The tumor presented herein was large
and caused bone expansion and erosion, a biological be-
havior more akin to a neoplasm or the “neoplastic form”
of AFO (Buchner et al. 2013). In addition, the dental hard
tissues’ component did not occupy a large part of the le-
sion, in contrast to a conventional odontoma.

AF, AFD, AFO and developing odontoma share many
similarities in their clinical features (Gardner 1984, El-
Naggar et al. 2017) and although they cannot be easily
differentiated microscopically, AFD and AFO are histo-
logically more similar to AF, while developing odontomas
looks like a developing tooth germ (Reibel et al. 2011,
Silva et al. 2019). Progression of an AFO to odontoma
cannot be fully documented, as final diagnosis requires
removal of the tumor. Zeng et al. (Zeng et al. 2012) re-
ported the case of an extremely large AFO in a 47 year-
old man, that although it was neglected for |5 years, did
not show maturation to an odontoma. In their review
Chrcanovic and Gomez (Chrcanovic and Gomez 2017),
reported that | out of |0 recurrent cases of AFO
showed microscopic features of ameloblastic fibrosar-
coma and 5 out of 10 of AFO, while “maturation” to a
complex odontoma was documented in the rest 4 out
of 10 cases. Loss of heterozygosity (LOH) was found in
a case of AFO (Galvao et al. 2012), while BRAFV600E
mutations that are common in ameloblastomas were de-
tected in 6 of 18 AFOs (Brunner et al. 2018), and | of |
AFD (Lucio et al. 201 3). Therefore, the data available up
to date do not support the view that all tumors with mi-
croscopic features of AFO should be considered as part
of the spectrum of developing odontoma.

As in the present case, the radiological differential diag-
nosis includes mixed radiolucent/radiopaque odonto-
genic lesions, such as calcifying odontogenic cyst, com-
plex odontoma, calcifying epithelial odontogenic tumor,
and adenomatoid odontogenic tumour (Lucio et al.
2013), as well as ossifying fibroma.

Conservative surgical excision is the treatment of choice
for AFO (Buchner et al. 2013). The lesion is usually easily
separated from the surrounding bone, due to its encap-
sulation, while in cases of large lesions the risk of bone
fracture should be considered (Lucio et al. 2013). There
is no consensus on the fate of the tooth or teeth asso-
ciated with the tumor, as both preservation in order to
erupt or extraction in order to prevent recurrence are
suggested (Lucio et al. 2013). In our case, the impacted
second molar was extracted as it was totally enclosed by
the tumor, thus endangering total removal of the later.
The preservation of cortical bone diminished the risk of
bone fracture, therefore reinforcement by a titanium
plate was judged unnecessary. In addition, no graft ma-
terial was used, as a five-wall bone defect in a young per-
son that was sutured and was not in direct contact with
the oral environment, would be expected to heal rapidly.
Recurrence is rare in AFO, as it was seen in 10 out of
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Tal pe tov dyKko, kabwg mpoteivovtar tdéoo n diatienon
Tou/toug Wote va avateilel/ouy, oo kai n eEaywyn
Tou/toug Wote va anotpartel n urotporr (Lucio kar ouv.
2013). 2tV Tepimwon mou Tapoucidletal, o €yKAEIOTOG
Seltepog youpiog e£AxON, kaBwg mepIBardtav TAPwS
amnd Tov OyKo, KABIoTHVTAg emMo@air| TV oAk e&aipean
Tou dykou. H diatripnon tou cupmayols ootol eAdTtw-
o€ Tov Kivbuvo oaTiKoU KAtdypdtog, €101 N evioxXuon pe
TAdKa titaviou kpiBnke Treprttr. EmmAéov, dev xpnaoipo-
TIoIBNKE KavEVa JOOXEUPATIKO UAIKO, E@O00V ETTPOKEITO
yia PAGPN mévie 0oTKOV ToIXwPdtwy ot véo dtopo,
omou Tpaypatomoifnke cuppaer Kar dev UTpxe
amneuBeiag emkoivwvia Pe To otopatikd TiepiBdMoy, Ka-
tdotaon otnv oroia avayévetal taxeia emoviwan.

H urotporr| twv AAQO eival ommdvia, kabwg éxel avagep-
Bel oe 10 amd 21 | mepiotauxd (Chreanovic kar Gomez
2017). MNapdAa tavta, o Kivduvog UMoTEOTTAG KAl KAKOH-
Boug eEaMayric oe adapavivoBiactikd vo-odpKwpd,
empBdMer pakpoxpdvia mapakoroubnon tou acBevi.

2YMIMEPAXMATA

Kabwg n veomhaopatiki 1 n apaptwpatwdng @uon tou
AAQO Kal n ox€on Tou PE TOUG UMTOAOITOUG OOOVTOVEVEIG
Sykoug dev éxel amodeixBel, Oa mpémel va diapoporol-
eftar and 1o avamuoodpevo oddviwpa. To yeyovdg ot
10 AAO pmopel va TPoKaAéoel 0oTIKA KaTtaotpogr, va
urtotpomdoel kar va urootel kakorOn egalayr (Chrea -
novic kal Gomez 2017), kaBiotd emtaktiky Ty pakpo-
Xpovia TTapakoAoubnor Tou, evw TO avaruooOpEVO
oddviwpa éxel andAuta Amma PioAoyikr oupmepIpopd.
Emopévwg, oupmepirapBavoviag kai tig Yo BAGBeG kdtw
and 1o 1o dvopa propel va dwoel 1doo oto Bepdrovta,
éoo Kkal otov acBevr] AavBaopévo pAvupa epnouxa-
opoU. Avagopéq emMmMAéoV KaAd TeKUNPIwUEVWY TTEPIOTA-
TIKWV, TIEPICOOTEPEG CUYKPITIKEG HEAETEG HETAEY Twv Al
AAl, AAO kar odoviwpdtwy, Kabwg emiong Kar JENETeg
TWV KUTTAPIKOV TOUG Xapaktnpiotikwy, 8a fondhcouv
TNV TIEPAITEPW ATTOCAPrVION AUTWY TwV OeddTwv.

Mamavtwvdrou A. kai ouv./Papantonatou L. et al.

211 cases (Chrcanovic and Gomez 2017). However, the
risks of recurrence and malignant transformation to an
ameloblastic fibrosarcoma, necessitate a long-term follow
up of the patient.

CONCLUSIONS

As the neoplastic or hamartomatous nature of AFO
and its relation to other mixed odontogenic tumors has
not been proved, it should be differentiated from de-
veloping odontoma. The AFO potential to cause bone
destruction, recur and undergo malignant transforma-
tion (Chrcanovic and Gomez 2017), makes mandatory
a long-term follow-up, while developing odontomas
have an entirely innocuous biological behavior. There-
fore, by including both lesions under the same heading,
will give to both the attending physician and the patient
a wrong message of complacency. Report of additional
well-documented cases, more comparative studies
among AF, AFD, AFO and odontomas, as well as stud-
ies of their molecular features, will help to further elu-
cidate those issues.
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