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RESUMEN

La sialometaplasia necrotizante (SN) es una afeccién
inflamatoria, autoresolutiva, que afectaalasglandulas saivales,
mas frecuentemente alas menores. Si bien su etiopatogenia per-
manece aln desconocida, diversos autores sugieren que una
agresion fisico-quimica o biol 6gica sobre | os vasos sanguineos
produciriaisquemia, lacual conduciriaal infarto delaglandula
y su posterior necrosis. Su aspecto clinico e histolégico tiene
apariencias de malignidad. Clinicamente puede presentarse
como unaUlcera de bordesirregulares, ligeramente elevados y
lecho necrético, mientras que histopatol 6gi camente se caracte-
rizapor presentar metaplasiaescamosade conductosy acinose
hiperplasia pseudoepiteliomatosadel epitelio mucoso, caracte-
risticas éstas que pueden inducir aun diagnostico incorrecto de
neoplasiamalignaanexial . Esfundamental realizar un correcto
diagndstico a los efectos de evitar tratamientos quirdrgicos
mutilantes, debido aque setratade unapatol ogiaautoresol utiva.
En el presente trabajo se describen cinco casos de (SN) en pa-
cientes de sexo femenino, ubicados en glandulas salivales me-
nores del paladar.

Palabrasclave: Salometaplasia necrotizante, Ulcerasbucales.

INTRODUCCION

Lasia ometaplasia necrotizante (SN), es unaafeccidn benigna,
inflamatoria y autoresolutiva que afecta principalmente a las
glandulas salivales menores. Fue descrita por primera vez por
Abrahams et a. en 1973(1) y por Dunlop et al. en 1974(2),
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como una patologia de glandul as salival es menores de pal adar
duro, aungue posteriormente se publicaron casos en diferentes
sitios de la cavidad bucal(3-6), en glandulas salivales mayo-
res(7,8), en mucosa sinusal(9) y en laringe(10).
Laetiologiano esta del todo esclarecida, la mayoria de los au-
tores sugieren que una agresion fisico-quimica o biol égica so-
bre los vasos sanguineos produciriaisquemia, lacual conduci-
ria a la infartacién del tejido glandular y su posterior
necrosis(11), inflamacion e intento de reparacion induciendo
metaplasia, cambios en ductos y posterior cicatrizacion(12).
Traumatismos|ocalesdirectos agudos, como | os producidos por
intubaci ones, aplicacién de anestesialocal yaseapor laagujao
por lavasocontriccién(13,14), procedimientos quirdrgicos, uso
de protesi s desadaptadas, vomitos violentos o provocados, como
los descritos en pacientes con bulimia(15), procesos infeccio-
s0s(16), radioterapia, uso de tabaco(17) y cocaina entre
otros(18,19) serian factores involucrados en esta alteracion
vascular que daria como resultado la isquemialocal. Algunos
autores encuentran relacién con patologias tales como diabe-
tes(8), o alcoholismo crénico(20,21) y paraotros serialaresul-
tante de estados terminal es leucoqueratoticos (22).
Clinicamente la SN puede presentarse como una Ulcera o
tumoraci6n(23), siendo la primeraformamés frecuente, carac-
terizdndose por presentar un aspecto crateriforme, de bordes
induradosy bien delimitados, ubicada cominmente en paladar,
pudiendo ser bilateral (24,25). Las caracteristicas histopatol ¢-
gicas més frecuentes son: metaplasia escamosa de conductosy
acinos, necrosis por coagulacion de agunos I6bulos aunque



Med Oral 2004;9:304-8.

conservando laarquitecturalobular(26), presenciadetejido de
granulacién con infiltrado inflamatorio inespecifico e
hiperplasia pseudoepiteliomatosa del epitelio mucoso superfi-
cial(27). No se mencionan ganglios palpables, aungque se han
descrito casos con nddulos indoloros(8). Las recidivas no son
frecuentes, pero un autor presenté un caso de lesiones de repe-
ticion(16).

Laimportanciade esta af eccion radica en que su aspecto clini-
co y algunas de sus caracteristicas histoldgicas semejan a
neoplasias malignas bucales como el Carcinoma adenoideo
quistico, el Carcinoma mucoepidermoide o el Carcinoma a
células escamosas(11,14,17). Un error de diagnostico podria
conducir a tratamientos quirdrgicos mutilantes innecesarios.

CASOS CLINICOS

Caso 1: Paciente de sexo femenino, de 56 afios de edad que
concurre alaconsulta por presentar unalesion ulceradaen pa
ladar duro lado izquierdo, de 20 dias de evolucion. Relata ha-
ber tenido un fuerte dolor en lazona, de aparicién brusca, que
fue disminuyendo paulatinamente. Posteriormenterealizd dis-
tintos tratamientos antisépticos locales sin notar mejoria. A la
inspeccion se observé una Ulcera de 13 por 10 mm de lecho
necratico, borde color blanco violéceo de consistencia ligera-
mente aumentada, no doloroso a la palpacion (Fig.1). La
citologia exfoliativa detectd la presencia de células
inflamatorias, gérmenes, tejido necrdtico, siendo negativapara
células neoplasicas. El examen histopatol 6gico revel6: abun-
dante necrosis por coagulacién, acinos de glandulas mucosas
con arquitectura relativamente intacta, algunos de ellos con
secreciOn en sus células; escasametaplasiaen € epitelio delos
conductos. Entre acinos y ductos se observé un proceso infla
matorio crénico, con presencia de abundantes polimorfonu-
cleares neutréfilos y eosindfilos, vasos con paredes engrosa
das, algunos con trombosisy un sector del epitelio superficial
con leve hiperplasia pseudoepiteliomatosa, no neoplasica (Fig.
2). Alos 10 dias se observo unafrancamejoriay remision total
delalesion en 7 semanas.

Caso 2: Paciente de sexo femenino de 39 afios de edad, con-
sulta por lesion ulcerada en encia palatina proxima a primer
premolar superior izquierdo, de 10 dias de evolucién, que le
provoca un dolor sordo de caracteristicas similares a una neu-
ralgia. La paciente relata haberse notado un aumento de volu-
men doloroso, por lo cual concurrié @ odontélogo quien le
realizo la endodoncia del elemento 24, pero ante la deteccion
de lalesion mucosala derivé a Consultorio externo de la Cé-
tedra de Estomatologia. Al examen clinico se observo la pre-
sencia de una Ulcera de formairregular, fondo necrdtico, bor-
deseritematososy blandos. Serealiz6 unacitologiaexfoliativa
que fue informada como Grado |1 y I1l. Labiopsiaincisional
confirmo el diagndstico de SN. A las dos semanas derealizada
la biopsia, el lecho estaba cubierto por tejido de granulacion
con franca tendencia a cicatrizar.

Caso 3: Paciente de sexo femenino de 78 afios de edad, des-
dentada total, portadora de prétesis completa superior e infe-
rior desadaptadas. Padece Enfermedad de Parkinson por |o cual
presenta movimientos bucal es parafuncionales. Consulta por
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Fig. 1. Pérdida de sustancia con lecho necrético de bordes eritematosos de 20
dias de evolucion.
Tissue loss with necrotic base and eritematous borders of 20 days duration.

Fig. 2. Borde delaUlcera, epitelio con hiperplasia seudoepiteliomatosa, algu-
nos sectores con necrosis por coagulacion, proceso inflamatorio crénico en
acinosy ductos.

Ulcer border with psudoepitheliomatous hyperplasia; some parts with
coagulation necrosis and inflammatory chronic process in acini and ducts.

Fig.3. SN de aspecto tumoral en paladar duro.
Tumoral aspect of NSin hard palate.

una lesion ulcerada en paladar blando, por detrés del flanco
posterior de su prétesis removible, de un mes de evolucion.
Relatahaber tenido molestias cuando seinicié lalesidn, no pre-
sentando dolor a momento de la consulta. Clinicamente se ob-
servé unalesion erosiva en formade corazon de bordes ligera-
mente elevados, leucoedematosos, aumentados de consisten-
cia. Lacitologiaexfoliativafue Grado Il y la biopsia por inci
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Caso Edad Tiempo Aspgcto A Tiempo de
. ~ Sexo de clinico Localizacion PR
clinico (anos) | T evolucion | - | remision (*)
el I R T I I R
20 dias Ulcera Paladar duro 7 semanas
1 56 Fem. | - | - | |
20 days Ulcer Hard palate 7 weeks
10 dias Ulcera Paladar duro 4 semanas
2 39 Fem. | - | o | - ]
10 days Ulcer Hard palate 4 weeks
30 dias Ulcera Paladar blando | 7 semanas
3 78 Fem. | - —-— ] -
30 days Ulcer Soft palate 7 weeks
10 dias Ulcera Paladar duro 6 semanas
4 60 Fem. | - | - | | -
10 days Ulcer Hard palate 6 weeks
3meses | Tumoracion | Paadar duro | 12 semanas
5 17 Fem. | - | - | |
3 months Tumor Hard palate 12 weeks

Tabla 1: Caracteristicas clinicas de los casos presentados

) Desde la deteccion de los sintomas por parte del paciente
Clinical characteristics of cases presented.

) Since the detection of the symtoms by the patient.

sién confirmo el diagnostico de SN; lacicatrizacion total dela
lesion se complet6 alas 7 semanas.

Caso 4: Paciente de sexo femenino, 60 afios, hipertensa
medicaday diabéticainsulinodependiente desde hace 20 afios.
Hace 2 afios comenzo con glomerulonefritis que derivo en in-
suficienciarenal cronica; ademas se le diagnosticd un carcino-
made mamatratado quirdrgicamentey con radioterapia. Hacia
un mes que habia abandonado €l tratamiento de la diabetes.
Diez dias previos ala consulta noté la aparicion de unalesion
en paladar en forma brusca, luego de traumatizarse durante la
alimentacidn. A la inspeccion se observé una pérdida de sus-
tanciaen zonade rugas palatinas del l1ado izquierdo, dolorosa a
la palpacion, de bordes nitidos levemente eritematosos con le-
cho cubierto por un tapdn necrotico. No se pal paron adenopatias.
Biopsia compatible con diagnéstico de SN. A las seis semanas
estaba totalmente epitelializada con la mucosa levemente de-
primida, relatando |a paciente una hipersensibilidad en lazona
durante los ocho meses posteriores que fue e tiempo gque con-
currid alos controles.

Caso 5: Paciente de sexo femenino de 17 afos de edad que
concurre alaconsulta derivada por su odontdlogo, por presen-
tar una lesion en paladar duro de 3 meses de evolucién con
dolor irradiado & oido. Clinicamente se observé unalesion de
aspecto tumoral, color rojo violéceo, de un centimetro de di&
metro, consistente a la palpacion, rodeada por mucosa
eritematosa (Fig. 3). Con posterioridad a esta lesion se descu-
bre que la paciente era bulimica. Los andlisis de rutina arroja-
ron valores normales, las radiografias panoramicay oclusa no
mostraron alteraciones. Se realizo biopsia por escision quein-
formd tratarse de una SN.

DISCUSION

Si bien laetiologiadelalesion esaln desconocida, se aceptala
teoriade una alteracién en lairrigacién de unaglandulasalival
menor como desencadenante. En los casos 3y 4 € paciente
pudo relacionarlo con traumatismo local durante la alimenta-
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cion, presentando el caso N° 4 como factor sistémico
predisponente, diabetes descompensaday el paciente N°5 trau-
ma por bulimia (vomitador crénico). La SN se ha descrito més
frecuentemente en hombres de edad media(27)y menos en muje-
res(28); los casos antes descriptos fueron todos en mujeres cua-
tro de edad adultay uno en unaadolescente. Lalocalizacion més
frecuentemente descritaen laliteraturaes paladar duro(10,27,28)
como en tresde | os pacientes presentados, citandose pocos casos
en otraslocali zaciones como mucosalabia inferior(5) o glandu-
la submaxilar(7). Laforma clinica mas comun fue la ulcera
da(29) como lade los cuatro primeros pacientes presentados en
esta comunicacion, citandose otros de forma tumoral (30) como
el tltimo caso informado. Generalmente son lesiones Ginicas aun-
que se han descrito de ubicacion bilateral (2,11). Distintos auto-
res describen que la autoresolucion de las lesiones seredlizaen
un promedio de 7 a10 semanas, Similar alaevolucién observada
en nuestros pacientes.

Entre los diagndsticos diferenciales mas frecuentes a tener en
cuenta podemos citar: carcinoma mucoepidermoide, carcino-
ma adenoideo quistico, adenocarcinoma, y la enfermedad de
Sutton entre otros, habiéndose descrito un caso asociado a un
auténtico proceso maligno subyacente(31). Esimportante des-
cartar también procesos infecciosos como |os producidos por
tuberculosis o sifilis(32). También se debe considerar para el
diagnodstico diferencial a la sialoadenitis necrética subaguda
(SANS), considerada por agunos autores como una variedad
de SN; aungue se trata de un proceso inflamatorio agudo ines-
pecifico de causadesconocida, caracterizado por necrosisacinar
focal secundariaal proceso inflamatorio, sin metaplasia ductal
ni hiperplasia seudoepiteliomatosa. Clinicamente son lesiones
nodulares, no ulceradas, en glandulas salival es pal atinas acom-
pafiadas de dolor agudo y que han sido descritas en grupos de
jovenes sometidos a convivencia grupal (33,34) por lo cua es
necesario realizar el diagndstico diferencial con SN. Tanto la
biopsiaincisional como el criterio clinico, resultan importantes
para el diagndstico de SN y su posterior auto-resolucion.

ENGLISH

Necrotizing sialometaplasia:
Report of five cases

Femorase FL, HErnANDEZ SL, GENDELMAN H, CriscuoLo MI,
Lorez bE BLANC SA .NECROTIZING SIALOMETAPLASIA: REPORT OF
FIVE cASES. MED OraL 2004;9:304-8.

ABSTRACT

Necrotizing sialometaplasia(NS) isasdf-limiting inflammatory
disease, that involves salivary glands, morefrequently theminor
ones. Although its etiopathogenesisremains still unknown some
authors suggest that a physico-chemical or biological injury on
the blood vessels may produce ischemic changes, leading to
infarction of the gland and its further necrosis. Its clinical and
histol ogic feature resemblemalignancy. Clinically it may appear
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likean ulcer with dightly elevated irregular bordersand necrotic
base. Histol ogic features are squamous metaplasia of ductsand
acini and a pseudoepitheliomatous hyperplasiaof the overlying
mucosa. These characteristics may induce to an inapropiated
diagnosis of malignant neoplasia. A correct diagnosisto avoid
mutilant surgical treatmentsis essential, considering thatitisa
self-limiting disease. In this report we describe five cases of
NSin females, located in minor glands of the palate.

Key words: Oral ulcer, necrotizing sialometaplasia.

INTRODUCTION

Necrotizing sialometaplasia (NS) is a self-limiting, benign,
inflammatory disease of the minor salivary glands. It was first
reported by Abrams et al. in 1973(1) and Dunlop et al. in
1974(2), like a disease of minor salivary glands of the hard
palate, although some caseswerelater reported in different sites
of the oral cavity(3-6), in mgor salivary glands(7,8), and in
sinusal mucosa(9) and larynx(10).

Although the etiology is not clear, many authors suggest that a
physico-chemical or biological injury onthe blood vesselswould
produce ischemic changes, leading to infarction of the gland
tissues with posterior necrosis(11), inflammation and intent of
repairing, inducing metaplasia, changes in ducts and further
cicatrization(12). Sharp direct local traumalike those produced
by intubation, local anestesia due to either the injection or the
vasocontriccion, surgery procedures(13,14), use of unadapted
dental prothesis, violent or provocated vomiting likein patients
with bulimia(15), infectious processes(16), radiotherapy, use
of tobacco(17) and cocaine among others(18,19) could be the
factors involved in this vessels alteration resulting in local
ischemia. Some authors find a relationship betwen NS and
diseases like diabetes(8), chronic alcoholism(20,21); others
investigators consider NS as the result of terminal
leucoqueratotic condition(22).

Clinically NS may look like an ulcer or as atumor(23), being
thefirst one the most frequent, presenting a crateriform aspect,
with indurated and well-delimitated shapes, commonly located
in palate, and sometimes bilateral(24,25). The most common
histopathol ogic features are: squamous metaplasiaof ductsand
mucous acini, lobular coagulation necrosis with preservation
of the lobular architecture(26), granulation tissue with
inespecific inflammatory infiltrate and pseudoepitheliomatous
hyperplasia of the overlying mucosa(27). No palpable lymph
nodeswere described but some caseswith painless nodules have
been reported(8). Although the relapses are not frequent, acase
with recurrent lesions was published(16).

The clinical aspect and some histological features resembling
oral malignant neoplasia like adenoid cystic carcino-
ma(11,14,17), mucoepidermoid carcinoma or squamous cell
carcinoma, emphasi ze theimportance of thisbenign inflamma-
tory disease. Therefore an incorrect diagnosis may induce to
unnecesary mutilant treatment.

REPORT OF CASES

Case 1. A 56-year-old woman was referred for an ulcerated
lesionin left posterior hard palate of twenty days duration. The
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patient informed usthat she suddenly felt very sharp paininthe
area that dowly decreased with time; after that she did some
local treatments with antiseptic washes without any
improvement. Clinical examination reveal ed an ulcer measuring

13 x 10 mm, necrotic base, with violet whitish borders
moderately firm and painless to palpation (Fig 1).

A negativeto malignancy citology showed inflammatory cells,
germs and necrotic tissue. The histopathologic exam reveal ed:
important coagulation necrosis, with the outlines of the acini
still visible and a little celular secretion, slight squamous
metaplasia in the ductus, surrounded by inflammatory tissue
with large amount of polimorfe neutrophils and eosinophils.
Vessdl swith thick walls, some of them with trombosisand dlight
non neoplasic pseudoepiteliomatous hyperplasia was also
observed (Fig 2). Ten days latter she had an important
improvement with total resolution of the lesion in 7 weeks.
Case 2: A thirty nine-year-old-woman showed an ulcerated
lesion in the palate gum next to the up left first premolar, with
ten daysevolution that provoqued to her aneuralgic sharp pain.
She consulted to the dentist for a painfull swelling of the area;
he made the endodontic treatment of the 24 element, and after
that, when the mucosa lesion was detected the patient was
referred to the Stomatology Service. Clinical examination
reveal ed the presence of an irregular shaped ulcer, with necrotic
base and soft eritematous borders. Grade 11 and 111 citology
was informed. The incisional biopsy confirmed NS diagnosis
two weeks later; the base of the lesion was covered by
granulation tissue with a strong tendency to cicatrize.

Case 3. A 78-year-old female, was referred by a one month
evolution ulcerated lesion in soft palate behind the unadapted
prothesis. She had Parkinson’s disease and oral parafunctional
habits. She informed us to have had initially a painfull throbbing
sensation, without pain at the moment of the clinical examination.
Weobserved an erosivelesion, heart shaped, with dightly incressed
leucoedematous margins, firm to pal pation.

The citology wasgrade |l and theincisional biopsy confirmed NS
diagnosis; cicatrization of the lesion took place at the 7th week.
Case 4: An insulinodependent diabetic, hypertense medically
treated 60-year-old woman consulted us ten days after the
appearence of asudden palatelesion after traumaduring feeding.
Two years before she had had glomerulonefritis followed by
chronicrend failure; she had dso amammacarcinomasurgically
and radiotherapically treated. One month before she had stopped
the treatment of diabetes. Ten days before consulting us, she
noticed the sudden appearence of alesion on palate after trauma
during feeding. Theclinical exam revea ed substancelosson the
left part of the hard palate rougs area; it was painfull to palpation
with dlightly erithematous borders and necrotic plug in the base.
No lymph nodes were pal pated. The biopsy was consistent with
NS; six weeks later the area was completely epithelized and
dlightly depressed. During 8 monthsthe patient camefor controls
and reported to have hypersensibility inthe area.

Case 5: A 17-year-old woman was referred by her dentist for a
threemonthsevolutionlesionwithirradiated paintotheipsilateral
ear. The clinical exam revealed a 10x10mm red violet tumoral
lesion, tender to pal pation and surrounded by erithematous mu-
cosa(fig.3). After thelesion was detected, weknew that the patient
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was bulimic, she admitted to induce vomiting. Routine analysis
indicated normal values. Oclusal and ortopanthomography
radiographsdid not revealed abnormal findings. Escisiona biopsy
was performed and NS was confirmed.

DISCUSSION

Although the etiology of NS is still not fully resolved, it is
generally accepted that an acuteloss of blood supply to the minor
salivary glandsisthe mgjor cause of thislesion. In cases3and 4
it could berelated to local traumaduring feeding and in case 5 to
trauma induced by bulimia. Additionally case 4 diabetes could
have been as predisposing systemic factor. Acinar necrosis
induced by ischemiais the earliest event followed by liberation
of mucus and the resulting inflammatory response.

NS has been reported more frequently in middle-age male(27)
and less in female(28); nevertheless the cases described in this
paper were four females one of them adolescent. Hard palate is
the most frequent localization reported(10,27,28) likein three of
our cases. Only few cases were described in other locations as
lower lip mucosa(5) or submaxillary gland(7), followed by parotid
gland, retromolar pad, sublingual region, lower lip, tongue, na
sa cavity(3,14) maxillary sinus, soft palate and larynx (14,7,11).
Although NS may present as a nonulcerated swelling, the most
typical presentation is adeep ulcer(29) asin the four first cases
of this presentation; in some others cases it may appear as an
exophyticlesion(30) likein our last patient. Ingeneral NSlesions
areuniques, although there are somebilateral lesions(2,11). The
ulcers resolve without any treatment in an average of 7 to 10
weeks(18), similar to the evolution observed in our patients. Only
one case of NSwith an underlying malignancy wasreported(31).
The differential diagnosis must be done specially with
mucoepidermoid carcinoma, adenoid cystic carcinomaand Sutton
disease. It is important also to distinguish NS from infectious
diseases as syphilis and tuberculosis(32).

Finaly it should be considered the differential diagnosis with
subacute necrotizing sialadenitis (SANS). Thisisanonspecific
inflammatory condition of unknown etiology. Microscopically
is characterized by focal acinar cell necrosis secondary to the
inflammatory process and slight atrophy of ductal cells; neither
ductal squamous metaplasia nor seudoepiteliomatous
hyperplasiawere observed in SANS. Clinically they are nodular
lesions non ulcerated located in palatal salivary glands
accompanied by an abrupt onset of pain. Patients are most often
young men, who have spent several weeks living in close
guarters such as military barracks(33,34).

Clinicians and pathologists must be aware to avoid errors in
the diagnosis and treatment of these benign pathologic
conditions.
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