Cirugia Bucal / Oral Surgery

Fibroma cemento-osificante / Cemento-ossifying fibroma

Fibroma cemento-osificante mandibular: Presentacion de
dos casos y revision de la literatura

José Maria Sanchis @, Miguel Pefiarrocha @, José M. Balaguer ®, Fabio Camacho @

(1) Profesor Asociado de Cirugia Bucal. Profesor del Master de Cirugia e Implantologia Oral. Médico Adjunto. Servicio de

Estomatologia. Hospital General Universitario. Valencia

(2) Profesor Titular de Cirugia Bucal. Director del Master de Cirugia e Implantologia Oral
(3) Profesor Colaborador Docente de Cirugia Bucal. Profesor del Master de Cirugia e Implantologia Oral
(4) Odontdlogo. Master de Cirugiae ImplantologiaOral. Facultad de Medicinay Odontologiade laUniversidad de Valencia. Espafia

Correspondencia.

Dr. José Maria Sanchis Bielsa

Unidad de Cirugia Bucal.

Facultad de Medicina y Odontologia 46010 Valencia

TIf- 963864175  E-mail: Sanchisj@uv.es

Recibido: 20-05-2002 Aceptado: 28-09-2002

Sanchis JM, Pefiarrocha M, Balaguer JM, Camacho F. Fibroma ce-
mento-osificante mandibular: Presentacion de dos casosy revision de

laliteratura. Med Ora 2004;9:69-73.
© Medicina Oral S. L. C.I.F. B 96689336 - ISSN 1137 - 2834

RESUMEN

Presentamos dos casos clinicos de lesiones radiotransparentes
mandibulares en mujeres jovenes, que simularon patologia
infecciosa cronicaperiapica . En ambos el hallazgo fue casual
puesto que no produjeron ningun tipo de sintomatologia. En
un caso se llegd al diagndstico (tras la cirugia periapica y €
estudio anatomo-patol 6gico) después dereaizar laendodoncia
del diente implicado y comprobar la no resolucion del area
periapical. En el otro caso, cuya lesion abarcaba €l perigpice
delos4incisivosinferiores, serealiz6 directamente lacirugia
tras comprobar la vitalidad pulpar positiva de estos dientes.
Con posterioridad a la intervencion quirdrgica se redizé la
endodoncia de los dientes que habian perdido la vitalidad.

En ambos casos € examen histopatol 6gico, mostré lapresencia
de un fibroma cemento osificante, cuyo diagndstico inicia clini-
coy radiogréfico, en ocasiones, puede pasar desapercibido.
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INTRODUCCION

El fibroma cemento-osificante (FCO) es considerado como
un tumor benigno éseo, en estrecha relacion con otras lesio-
nescomo ladisplasiafibrosa, ladisplasiaperiapical cementaria
o la displasia florida cemento-6sea, pero formando una enti-
dad propia segun la clasificacién de 1992 de laOMS (1). Es
un tumor Oseo de los maxilares, de posible origen
odontogénico, que se cree deriva de células del ligamento
periodontal (2-4), y por ello unade sus caracteristicas princi-
pales es la formaciéon de masas de cemento, substancia
cementoide o materia calcificado en € interior de un tegjido
predominantemente fibroso (5-7).

Se presentan como masas de lento crecimiento, intradseas,
asintomaticas y mas frecuentes en mujeres entre los 35y 40
afos (7,8). Su diagndstico diferencial deberealizarse, preferen-
temente con otras|esionesfibro-6seas delos maxilarescomo la
displasiafibrosa o la displasia 6seo-cementaria. (5,6).

El este articulo presentamos dos casos de fibromas cemento-
osificantes que se manifestaron como lesiones radiotransparentes
mandibulares, asintomaticas y cuyo diagndstico diferencial,
basado en las manifestaciones clinicas, y en los estudios
radiogréficos convencionales puede ser controvertido. Existen
algunas publicaciones que destacan, deigual forma, laposibili-
dad de que lesiones benignas (9-11) o malignas (12-14) se pre-
senten como lesiones periapicales cuyo error diagndstico pue-
dellevar atratamientos incorrectos.

CASO CLINICO

-CASO 1

Mujer de 32 afios, en la que se observo, en unaradiografia pa-
norémica realizada para un tratamiento odontol égico conven-
cional, unaimagen radiotransparente de 0,8 x 1 cm, anivel del
peridpice del canino inferior izquierdo. La paciente relaté un
traumatismo en la zona unos afnos antes. Su dentista le realizé
la endodoncia de este diente observando que la pulpaeravital.
Tras un seguimiento de dos meses no se observaron cambiosen
laradiotransparenciaapical, (FiguralA) y sereadlizd lacirugia
periapical delalesion (FiguralB). Durantelamismase obtuvo
una muestra de tejido para estudio histopatol égico que mostro
un tegjido fibroso conectivo con trabéculas dseas y pequerios
focos calcificados redondos que se agrupaban en masas
lobuladas (Figura 1C). El diagndstico anatomopatol égico fue
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de fibroma cemento-osificante. Después de un afio de evolu-
cién, lapaciente no referianinglin tipo de sintomatologiay tras
realizar una nueva radiografia panorémica extraoral, aprecia-
mMos una buena regeneracién dsea de la zona afecta.

-CASO 2

Muijer de 35 afios de edad, sin antecedentes médicos de interés,
gue acudi6 a su dentista para la realizacion de un tratamiento
odontolégico convencional. En una radiografia panoramica
extraoral se observo unaimagen radiotransparente, asintomética,
de4x2 cm, localizada arededor delos 4 dpicesdelosincisivos
inferiores. Lavitalidad pulpar de los dientes afectados fue po-
sitivay laanaliticahematicano mostré alteraciones valorables.
Latomografiaaxial computerizada (TAC) mandibular eviden-
cié unalesion osteoliticaredondeada, localizada entre | os cani-
nos mandibulares, de bordes bien definidos, que adelgazabay
abombaba ligeramente las corticales lingual y vestibular sin
desplazar o afectar alosdientes (Figura2A). Serealizo labiop-
sia-extirpacion de la lesion, mostrando el analisis
histopatol 6gico un estroma fibroso con abundantes fibras de
colageno, en el seno del cual se encontraron masas basofilas de
diversamorfologia, con éreas de calcificacion distrofica (Figu-
ra2B). El diagndstico histopatol 6gico establecido fue defibroma
cemento-osificante. En los controles posteriores, las pruebas
de vitalidad pulpar en los 4 incisivos inferiores fueron negati-
vas y se redlizaron las endodoncias de estos dientes. Tras un
afio de evolucion la paciente estd asintométicay sin alteracio-
nes radiol égicas.

Fig. 1. Caso 1. 1A. Radiografiadelalesion periapical. 2A. Imagen clinicade
laintervencién. 3A. Estudio anatomopatol 6gico que muestrael estromafibro-
soy lapresencia de material osteoide y calcificaciones distréficas.

Casel. 1A. X-ray of the periapical lesion. 2A. Clinical aspect of the operation.
3A. Histopathological study that shows the fibrous conective tissue and the
presence of osteoid material and distrophic calcifications.
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Fig. 2. Caso 2. 2A. TAC mandibular que muestra la lesion entre ambas
corticales. 2B. Imagen clinicade laintervencion quirdrgica

Case 2. 2A. Mandible CT scan that shows the lesion between both cortical
plates. 2B. Clinical aspect of the operation.

DISCUSION

El fibroma cemento-osificante (FCO) se presenta con mas fre-
cuencia en adultos, entre la tercera y la cuarta década de la
vida, aunque ocurre en unintervalo amplio de edades, existien-
do predileccion por lamandibulay el sexo femenino (5,6,8,15).
Suy cols. (6) indicaron que sdlo e 50% de los casos de FCO
presentd algin sintoma inicial. El 76% de sus casos fueron
mujeres cuya edad media fue de 32 afios. En algunos casos se
ha establecido como posible agente etiol gico la existencia de
un traumatismo previo enlazona(4), como en el caso aportado
por Wening y cols. (16) en una paciente de 26 afios con trauma-
tismo de huesosfacialesy FCO en maxilar superior. Enuno de
nuestros casos, la paciente también refirié un antecedente
traumético previo en la zona mentoniana. Al igua que los ca-
sos recogidos en la literatura, los presentados por nosotros se
trataron de mujeres, entre 30 y 40 afios, con lesiones
asintométicas 'y de lento crecimiento.

Estos tumores suelen aparecer como una masa de crecimiento
lento, asintomética, cuyo diagndstico puede confundirse con
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una cavidad idiopética de Stafne (17). Ocasiona mente puede
tener un crecimiento masrapido y extenso (18) llegando inclu-
so aprovocar fracturamandibular (19). Existen abundantesre-
ferencias en la literatura a comportamiento agresivo de estas
lesiones (20-22), especialmente cuando se manifiestan en loca-
lizaciones paramaxilares como region mastoidea (4), senos
etmoidales (2,3), espacio parafaringeo (23) o pabellon auricu-
lar (24). Ademés existe una forma clinica, basicamente mas
agresiva, que se da en menores de 15 afios y recibe el nombre
de fibroma cemento-osificante juvenil (25-27). También estan
descritas algunas formas multiples de FCO (28,29).

Ambos casos se presentaron como lesiones intradseas,
radiotrasparentes, bien delimitadas, sin afectar ni desplazar a
los dientes implicados y sin el &rea de osteocondensacion
periférica que segiin Su'y cols. (6) aparece hastaen el 45% de
los casos. En el caso 2 latomografia computerizada mostré un
importante adelgazamiento y expansion de las corticales
lingualesy vestibulares, dato esteimportante paradescartar otros
tipos de lesiones.En ocasiones, y debido alos diversos grados
de calcificacion del tumor, puede aparecer una
radiotransparencia parcia u opacidad, siendo su diagndstico
radiogréfico, incluida la tomografia computerizada (30) bas-
tante controvertido.

Se plantea el diagndstico diferencial con otras entidades fibro-
Oseas como la displasia 6seo-cementaria (displasia focal
periapical y florida) (5,6), ladisplasiafibrosa(1) y otrascomo
el osteoma osteoide, el osteoblastoma o la osteomielitis croni-
ca esclerosante (31). En caso de estrecha relacidn con los api-
cesdelosdientes, como |os casos presentados, podria plantear-
seel diagnéstico diferencial con la periodontitis periapical cro-
nica (32-35), aungque nunca hay que descartar otras lesiones
radiotrasparentes mandibulares como el quiste 6seo solitario,
gueratoquiste, amel oblastoma, granuloma de células gigantes,
mixoma, etc. (36). En este sentido estan descritos algunos
gueratoquistes (9,10) que se manifestaron como lesiones
periapicales, tumor odontogénico adenomatoide (11) y diver-
sas lesiones malignas como el mielomamdltiple (12), metasta-
sisde carcinoma pulmonar (13) o de carcinomarenal (14). Los
dos casos presentados también se manifestaron como lesiones
periapicales, si bien solamente uno de ellosfue tratado, por su
dentista, como tal, mientras que en el segundo de los casos se
llegd finalmente al diagndstico tras la cirugia. La singularidad
de ambos casosradicaen su escasa sintomatol ogia, inespecifica
radiologia (ausencia de calcificaciones intralesionales) y faci-
lidad parael error diagnéstico a mostrarse en estrecharelacion
con los &pices dentales.

En lahistopatol ogia estipico encontrar un estromafibroblastico
benigno con variada celularidad, si bien, las mitosis son raras.
En el interior del estroma fibroso aparecen masas de tejido mi-
neralizado de aspecto basdfilo que se corresponde con material
osteoide o cemento. Se distribuyen por todo el tumor con ma-
yor 0 menor presencia y se acompafian de calcificaciones
distréficas que adoptan un color més oscuro o basofilo (5,7).
Seglin Voytecy cols. (32) lasdiferenciasentreladisplasiafibrosa
y €l FCO no siempre se muestran en todas y cada una de las
secciones del tumor, por |o que algunos casos podrian ser mal
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diagnosticados por este motivo. El patron histoldgico de las
doslesiones concuerdacon |o expresado por losautores (5,7,32)
respecto a la celularidad predominantemente fibrosa de estos
tumores y la presencia de masas de tegjido cementificante, con
mayor o menor grado de calcificacion.

El tratamiento quirdrgico consiste en la extirpacién conserva-
dora de la lesion, facilitada por la existencia de una zona de
clivgje quirdrgico y la presencia de una masa tumoral bien de-
finida. Los dos casos fueron intervenidos quirdrgicamente, y
tratados mediante laescision simpley cureteado de la cavidad,
gue es el tratamiento propuesto para este tipo de tumores
(16,34,35), observando en ambos casos una buena evolucion
de los pacientes. En los casos més agresivos la dificultad qui-
rirgicaradica mas en larestitucion del hueso afectado (suelo
del seno maxilar, pared de la cavidad nasal, etc) que en la pro-
piaextirpacion del tumor, que debe completarse siemprecon el
curetaje del lecho quirdrgico (16). Las recidivas tumorales es-
tan descritas (33) pero son muy infrecuentes (34,35). Tras un
afo de seguimiento de los pacientes no observamos ninguna
recidivadelalesion.

ENGLISH

Cemento-ossifying mandibu-
lar fibroma: A presentation
of two cases and rewiev of
the literature

SancHis M, PefarrocHA M, BaLAacuer M, CamacHo F. Ce-
MENTO-OSSIFYING MANDIBULAR FIBROMA: A PRESENTATION OF TWO
CASES AND REWIEV OF THE LITERATURE. MED OrAL 2003;9:69-73.

SUMMARY

We present two clinical cases of radioluscent mandibular lesions
in young women that simulated chronic periapical infectious
pathol ogy. The detection of both caseswasfortuitous sincethey
weretotally assymptomatic. Diagnosiswasreachedin onecase
(upon periapical surgery and anatomo-pathologic study) after
endodontic treatment and after verifying non-resolution of
affected periapical area. The other casewasan extensivelesion,
which involved the periapices of the four inferior incisors in
which surgery was directly performed upon verifying pulp
vitality of these teeth. After surgery endodontic treatment was
performed on the teeth that had lost their vitality.

In both cases the histopathol ogic tests reveal ed the presence of
acemento-ossifying fibroma, theinitial clinical and radiographic
diagnosis of which could easily be overlooked.

Key words: Periapical lesion, fibroma, cementum

INTRODUCTION
Cemento-ossifying fibroma (COF) is considered a benign
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osseous tumor, very closely related to other lesions such as
fibrous dysplasia, cementifying periapical dysplasiaor cemen-
to-osseous florid dysplasia, however, forming its own entity
according to the 1992 classification of the WHO (). It isa
bony tumor of the maxillas of possible odontogenic origin. Itis
believed to derive from the cells of the periodontal ligament
(2-4). Consequently, one of its principal characteristics is the
massive formation of cementum, cementoid substance or
calcified material intheinterior of apredominantly fibroustissue
(5-7).

They manifest themselves as slow-growing, assymptomatic,
intraosseous masses, most frequent in women between 35 and
40 (7,8). Differential diagnosis should be performed, preferably
with other fibro-osseous lesions of the maxilla such as fibrous
dysplasia or osseo-cementifying dysplasia (5,6).
Inthisarticlewe present two cases of cemento-ossifying fibroma
manifested as radioluscent and assymptomatic mandibular
lesions, the differential diagnosis of which, based on clinical
manifestations and conventional radiographic studies, could be
controversial. Thereare some stand-out publicationsthat discuss
the possihility of benign (9-11) or malignant (12-14) lesionsto
manifest in some way as periapical lesions of which diagnostic
error could lead to incorrect treatment.

CLINICAL CASES

-CASE 1

A 32 year old woman in which a radioluscent image of 0.8 x
Icminthe periapical level of theleft caninewas observed upon
making a panoramic radiograph for conventional dental
treatment. The patient reported traumatism to the area some
years earlier. Her dentist treated the tooth endodontically and
observed that the pulp was vital. After atwo month follow-up
changes on the apical radioluscency was observed (Figure 1A)
and periapical surgery of thelesion was performed (Figure 1B).
At the same time a tissue sample was obtained for a
histopathological study that showed afibrous connectivetissue
with bone trabeculae and small, rounded, calcified foci that
group themselves into lobulated masses (Figure 1C). The
anatomopathol ogic diagnosis was cemento-ossifying fibroma.
After oneyear of evolution, the patient did not complain of any
type of symptomatology whatsoever, and upon making a new
panoramic radiograph, we were able to appreciate good bony
regeneration on the affected area.

-CASE 2

A 35-year-old woman, of uninteresting medical history, sought
to her dentist for conventional treatment. The panoramic
radiograph revealed a 4x2-cm radioluscent image, located
around the 4 apices of the inferior incisors, which however,
was clinically assymptomatic. The pulp vitality of the affected
teeth was positive and the blood test did not show altered values.
The computerized axia tomography (CAT scan) of themandible
revealed a round osteolytic lesion located between the
mandibular canines, with well defined borders, which thinned
and dlightly made the lingual and vestibular corticals convex
(Figure 2A). Excisional biopsy of the lesion was performed.
Histopathologic analysis revealed a fibrous stroma with
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abundant collagen fibers, in the sinus of which was found
basophil masses of diverse morphology with areasof dystrophic
calcification (Figure 2B). The histopathologic diagnosis
established was cemento-ossifying fibroma. On the posterior
follow-up appointments, pulp vitality tests of the 4 inferior
incisors were negative hence, endodontic treatment was done
onthem. After oneyear evolution the patient was assymptomatic
and without radiographic alterations.

DISCUSSION

The cemento-ossifying fibroma commonly affects adults
between the third and fourth decade of life, although it occurs
in awide interval of ages. Predilection is on the mandible and
on the feminine sex (5,6,8,15). Su et al. (6) expressed that in
50% of the cases of COF someinitial symptom is manifested.
76% of the cases were women whose mean age was 32 years.
In some cases the existence of a previous trauma on the area
has been established as a possible etiological agent (4), as the
case provided by Wening et a. (16) of a 26 year old patient
with facial bone traumatism and cemento-ossifying fibromaon
the superior maxilla. In one of our cases the patient also
mentioned a history of previous traumato the mentonian zone.
Comparabl e to those cases garnered in the literature, those that
we presented affected women between 30 and 40 years old,
with slow-growing and assymptomatic lesions.

These tumors usually appear as slow growing, assymptomatic
masses, the diagnosis of which could be confused with idiopathic
Stafne’s bone cavity (17). They could occasionally grow more
rapidly and extensive (18) and could even provoke amandibular
fracture (19). An abundant reference exists in the literature
regarding the aggressive behavior of these lesions (20-22),
especially when manifested in the premaxillary locationsasthe
mastoid region (4), ethmoidal sinuses (2,3), parapharyngeal
spaces (23) or ear auricle (24). Moreover, aclinical form exists
which is basically more aggressive, and is more common in
thoselessthan 15 years of agewhich receivesthe namejuvenile
cemento-ossifying fibroma (25). Some multiple forms of COF
are also described in the literature (28,29).

Both cases were manifested as well defined, radioluscent,
intraosseous lesions, without affecting nor displacing affected
teeth and without the area of peripherical osteocondensation of
which according to Su et a. (6) could appear in up to 45% of the
cases. In the second case, CAT scan revealed a considerable
thinning and expansion of the lingual and vestibular corticals,
which should be considered to highlight other types of lesions.
At times and due to a diverse grade of tumor calcification,
radiographic diagnosis could display a partia radioluscency or
opacity, and not to mention alikely controversial CAT scan (30).
A differential diagnosisis brought up with other fibro-osseous
entities such as the osseo-cementifying dysplasia (florid and
periapical and focal dysplasia) (5,6), fibrous dysplasia (1) and
other such as osteoid osteoma, osteoblastoma or chronic
sclerosing osteomyelitis (31). When thereis close proximity to
the apices of the teeth, asthe presented cases, differential diag-
nosis could be done with chronic periapical periodontitis (32-
35), athough other radioluscent mandibular lesions should never
be pointed out as a solitary osseous cyst, keratocyst,
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ameloblastoma, giant cell granuloma, myxoma, etc (36). Inthis
perspective other keratocysts are described (10,11) which are
manifested as periapical lesions, adenomatoid odontogenic tu-
mor (12) and diverse malignant lesions as multiple myeloma
(13), lung carcinoma metastases (14) or rena carcinoma (15).
The two presented cases were also manifested as periapical
lesion, only one was treated asis by her dentist while the other
was only correctly diagnosed upon surgery. What is common
in both cases is the lack of symptomatology, non-specific
radiology (the absence of intralesional calcifications) and the
facility to comeup with an erroneousdiagnosissinceit isclosaly
related to the dental apices.

In its histopathology it is typical to encounter a benign
fibroblastic stromawith varying cellularity, although mitosisis
rare. Within the fibrous stroma are mineralized tissue masses
of basophil aspect that correspond to osteoid or cementoid ma-
terial. This is distributed throughout the tumor in a greater or
lesser quantity and is accompanied by dystrophic calcifications
that adopt a basophillic or darker color (5,7). According to
Voytec et al. (32) the differences between fibrous dysplasiaand
COF is not always exhibited in each and every section of the
tumor, the reason for which some cases a poorly diagnosed.
The histologic pattern of the two lesions coincide in what the
authors expressed (5,7,31) with respect to a predominantly
fibrous cellularity and the presence of masses of cementifying
tissues, with greater or lesser grade of calcification.

Surgical management consists of conservative extirpation of
the lesion, facilitated by the existence of a zone of surgical
cleavage and the presence of a well-defined tumor mass. The
two casesweretreated surgically, performing asimpleexcision
and curettage of the cavity, which is actually the proposed
treatment for these types of tumors (16,34,35), and later
observing agood evolution of the patientsin both cases. In the
more aggressive cases surgical difficulty is due more to
restitution of the affected bone (floor of the maxillary sinus,
wall of the nasal cavity, etc.) than the tumor extirpation itself,
which should always be compl eted with curettage of the surgical
mass (16). Tumor recurrences are described (33) but are very
uncommon (34,35). After 1-year follow-up of the patients no
recurrent lesions were observed.
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