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in a 2-Year-0Old Girl
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Nous présentons un cas de sialométaplasie du palais mou qui s'est manifesté chez une
fillette de 2 ans, 3 mois apres une adénoidectomie. Il est important que les dentistes
connaissent les causes possibles des enflures intra-buccales chez les enfants et les adultes
et sachent que certaines affections peuvent se manifester différemment chez les enfants
et les adultes. Chez un adulte, la sialométaplasie nécrosante peut se présenter sous
forme de Iésion agressive, évocatrice d'un carcinome spino-cellulaire. Chez notre jeune
patiente, toutefois, I'examen clinique ou histologique n'a révélé aucun signe manifeste
de nécrose. Il est donc possible que la nécrose ne fasse pas partie des manifestations de
la sialométaplasie chez des enfants aussi jeunes.
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ecrotizing sialometaplasia is a benign con-

dition that may be found at any site in

the body that contains elements of the
salivary gland, from the paranasal sinuses to
the lung.!”® Numerous cases’”"” have been re-
ported in the oral cavity since the condition
was first described in 1973. The lesion also oc-
curs in other mammals such as dogs and cats.'®"
Recognizing necrotizing sialometaplasia is
important because this lesion mimics the ap-
pearance of malignant disease, both clinically
and microscopically."”?*?! Failure to recognize
necrotizing sialometaplasia may result in
unnecessary radical surgery because of an er-
roneous preoperative diagnosis of squamous cell
carcinoma or mucoepidermoid carcinoma.”” In
this paper, a case of sialometaplasia of the soft
palate in a 2-year-old girl 3 months following
adenoidectomy is reported.

Case Report

An otherwise healthy 2-year-old girl was re-
ferred by her dentist for investigation of an in-
traoral paramedian submucosal swelling of the
left side of the soft palate posterior to the ha-
mulus. The patient had a history of troublesome
recurrent infections of the middle ear and had
undergone adenoidectomy about 3 months before
the referral. Results of the examination showed a
slightly pale smooth-surfaced non-ulcerated firm
nodule in the left side of the soft palate just pos-
terior to the hamulus. The nodule measured 1.5 x
1.0 cm (Fig. 1). Within 1 week of her referral, the
patient was taken to the operating room to have
an excisional biopsy. An elliptical piece of tissue
containing the entire submucosal mass with a
cuff of normal mucosa was removed. The wound
was closed with interrupted resorbable sutures.
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supply and likely caused infarction of

Figure 1: Paramedian firm submucosal
swelling (white arrow) of the left side of the
soft palate.

palate.

Figure 3: High-power view of an H&E-
stained section with intact elements of
lobular salivary glands with squamous
metaplasia of ducts.

Figure 2: Low-power view of an

hematoxylin and eosin-stained (H&E)
section showing pseudoepithelioma-
tous hyperplasia overlying minor sali-
vary glands of the left side of the soft

Figure 4: Lobular necrosis of minor
palatal salivary glands adjacent to
intact salivary gland lobules.

the salivary gland tissue. Salivary gland
tissue may make greater metabolic de-
mands and may be more prone to ne-
crosis after vascular alterations than
the overlying mucosa. Acinar cells may
then become necrotic, although ductal
preservation is usually noted within the
infarcted lobules, and squamous me-
taplasia of ductal remnants eventually
appears.”

This condition may occur after local
trauma, including surgical manipula-
tion or injection of local anesthesia into
the involved area.?? For patients who
have had surgery, the lesion becomes
clinically evident in about 3 weeks or
longer. Necrotizing sialometaplasia may

also appear spontaneously, often wi-
thout the history of a prior surgical or
traumatic event.!” No particular oral
condition or habit has been associated
with this condition to date.

Clinical Features

Intraorally, necrotizing sialometa-
plasia is characterized by a seemingly
spontaneous presentation, most com-
monly at the junction of the hard and
soft palates.”* Early in this evolution,
the patient may note that the lesion is a

Results of the histological examination of the specimen
indicated that it contained pseudoepitheliomatous hyper-
plasia of the overlying epithelium. Squamous metaplasia
of the salivary duct epithelium and lobular necrosis with
preservation of the lobular architecture of the neighbouring
minor salivary glands was also found (Figs. 2-4). Based on
the histological findings and the timing of the appearance
of the lesion after a recent surgical procedure in the same
anatomical area, a diagnosis of sialometaplasia was made.
The patient’s biopsy site healed without complication over
2 weeks. Results of several postoperative examinations du-
ring 18 months of follow-up showed no reoccurrence of the
lesion.

Discussion

Etiology and Pathogenesis

The initiating event of necrotizing sialometaplasia is
believed to be related to ischemia that is secondary to
alteration in the local blood supply.?** In the case reported
here, the girl’s adenoidectomy may have affected branches of
the ascending pharyngeal, tonsilar and lesser palatine arte-
ries in the soft palate, compromised the underlying vascular

tender swelling. Subsequently, the mu-
cosa breaks down as a sharply demar-
cated deep ulcer with a yellowish-grey lobular base form.
In the palate, the lesion may be unilateral or bilateral; the
diameter of individual lesions ranges from 1 to 3 cm.?>*
Symptoms are generally disproportionately slight, com-
pared with the size of the lesion. Most patients indicate
surprisingly mild complaints of tenderness or dull pain.
Healing is generally slow and protracted, ranging from

6 to 10 weeks.?

Histopathology

The microscopic features of necrotizing sialome-
taplasia are consistent and unique.”” The overlying
mucosa may become ulcerated in the early phases.
Lobular necrosis of the salivary glands, pseudoepithelio-
matous hyperplasia of adjacent epithelium, and prominent
squamous metaplasia of the epithelium of the
salivary ducts are typically seen.?>?! The recognition
of lobular necrosis and the preservation of lobular ar-
chitecture distinguish this process from neoplasia.”” The
characteristic squamous metaplasia of ductal elements may
be misinterpreted as squamous cell carcinoma. When this
metaplasia is seen in the presence of residual viable salivary
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glands, the lesion may be mistaken for mucoepidermoid
carcinoma.'”’

Differential Diagnosis

Squamous cell carcinoma or malignant minor neo-
plasms of the salivary glands must be ruled out clini-
cally and histologically.’” Granulomatous diseases such
as syphilitic gumma and deep fungal infections must
also be ruled out because they may appear as punched-
out lesions of the palate with a sharp demarcation.’
In medically compromised patients, such as those with
poorly controlled diabetes, opportunistic fungal infec-
tions with mucormycosis may also cause a similar
clinical picture.’

Treatment and Prognosis

Necrotizing sialometaplasia is a benign self-limiting
process that does not require specific treatment.? If the
lesions are large, incisional biopsy should be done to esta-
blish a definitive diagnosis.” Healing takes place over several
weeks by secondary intention. Reassuring the patient and
lavaging the wound with irrigation or rinsing may be hel-
pful.?® Once the lesion has healed, recurrence and functional
impairment are not anticipated. In this reported case, an
excisional biopsy was done and the sutured wound healed
without complication.

Conclusion

Although necrotizing sialometaplasia is classically cha-
racterized by areas of frank necrosis and ulceration, the
child reported here had no signs of necrosis. Clinically,
however, the child had intraoral swelling, and histological
results showed evidence of minor salivary gland ductal
metaplasia.”® The child’s preceding adenoidectomy may
account for the surgical trauma, similar to the trauma that
others** have reported in cases of necrotizing sialometa-
plasia. The child’s uneventful postoperative healing and the
lack of recurrence of the lesion during 18 months of follow-
up also support a diagnosis of sialometaplasia. It is possible
that frank necrosis and ulceration may not be a feature of
this lesion in children this young because the lesion may
resolve spontaneously before such necrosis has a chance to
develop.

THE AUTHORS

Dr. Ylikontiola is assistant professor in oral and maxillofa-
cial surgery, University of Oulu, Oulu University Hospital,
Oulu, Finland.

Dr. Siponen is acting senior lecturer in the department of dia-
gnostics and oral medicine, Institute of Dentistry, faculty of
medicine, University of Oulu, and acting consultant patho-
logist, pathology laboratory, Oulu University Hospital, Oulu,
| <| Finland.

Dr. Salo is professor of oral pathology, University of Oulu,
Oulu University Hospital, Oulu, Finland.

Dr. Sdndor is professor and clinical director, graduate pro-
gram in oral and maxillofacial surgery and anesthesia,
University of Toronto and Mount Sinai Hospital, coordinator
of pediatric oral and maxillofacial surgery at The Hospital for
Sick Children and Bloorview Kids Rehab, Toronto, Ontario,
and docent in oral and maxillofacial surgery at the University
of Oulu, Oulu, Finland.

Correspondence to: Professor George K.B. Sdndor, The Hospital for Sick
Children, S-525, 555 University Ave., Toronto, ON M5G 1X8.

The authors have no declared financial interests.

This article has been peer reviewed.

References

1. Batsakis JG, Manning JT. Necrotizing sialometaplasia of major salivary
glands. J Laryngol Otol 1987; 101(9):962-6.

2. Sarioglu S, Pabuccuoglu U, Ecevit C, Ceryan K, Paksoy S, Ada E.
Sialometaplasia arising in the ectopic salivary gland ductal inclusions of mul-
tiple intraparotid lymph nodes. J Clin Pathol 2004; 57(12):1335-7.

3. Granich MS, Pilch BZ. Necrotizing sialometaplasia in the setting of acute
and chronic sinusitis. Laryngoscope 1981; 91(9 Pt 1):1532-5.

4. Ben-Izhak O, Ben-Arieh Y. Necrotizing sialometaplasia of the larynx. Am J
Clin Pathol 1996; 105(2):251-3.

5. Wenig BM. Necrotizing sialometaplasia of the larynx. A report of two
cases and a review of the literature. Am J Clin Pathol 1995; 103(5):609-13.

6. Zschoch H. [Mucus gland infarct with squamous epithelial metaplasia
in the lung. A rare site of so-called necrotizing sialometaplasia.] Pathologe
1992(1); 13:45-8. Article in German.

7. Abrams AM, Melrose RJ, Howell FV. Necrotizing sialometaplasia. A disease
simulating malignancy. Cancer 1973; 32(1):130-5.

8. Fechner RE. Necrotizing sialometaplasia: a source of confusion with carci-
noma of the palate. Am J Clin Pathol 1977; 67(4):315-7.

9. Levin LS, Johns ME. Lesions of the oral mucous membranes. Otolaryngol
Clin North Am 1986; 19(1):87-102.

10. Seifert G. Tumour-like lesions of the salivary glands. The new WHO clas-
sification. Pathol Res Pract 1992; 188(7):836-46.

11. Kovacs V, Kovesi G, Gera I. [Necrotizing sialometaplasia.] Fogorv Sz 2005;
98(6):233-7. Article in Hungarian.

12. Murphy J, Guinta J, Meyer |, Robinson K. Necrotizing sialometaplasia.
Oral Surg Oral Med Oral Pathol 1977; 44(3):419-24.

13. Dunley RE, Jacoway JR. Necrotizing sialometaplasia. Oral Surg Oral Med
Oral Pathol 1979; 47(2):169-72.

14. Gahhos F, Enriquez RE, Bahn SL, Ariyan S. Necrotizing sialometaplasia:
report of five cases. Plast Reconstr Surg 1983; 71(5):650-7.

15. Aversa D, Mock D. Necrotizing sialometaplasia. Ont Dent 1985;
62(10):17-9.

16. Sneige N, Batsakis JG. Necrotizing sialometaplasia. Ann Otol Rhinol
Laryngol 1992; 101(3):282-4.

17. Imbery TA, Edwards PA. Necrotizing sialometaplasia: literature review
and case reports. J/ Am Dent Assoc 1996; 127(7):1087-92.

18. Brooks DG, Hottinger HA, Dunstan RW. Canine necrotizing sialometa-
plasia: a case report and review of the literature. / Am Anim Hosp Assoc
1995; 31(1):21-5.

19. Brown PJ, Bradshaw JM, Sozmen M, Campbell RH. Feline necrotizing sia-
lometaplasia: a report of two cases. J Feline Med Surg 2004; 6(4):279-81.
20. Sandmeier D, Bouzourene H. Necrotizing sialometaplasia: a potential
diagnostic pitfall. Histopathology 2002; 40(2):200-1.

21. Mesa ML, Gertler RS, Schneider LC. Necrotizing sialometaplasia: fre-
quency of histologic misdiagnosis. Oral Surg Oral Med Oral Pathol 1984;
57(1):71-3.

22. Keogh PV, O'Regan E, Toner M, Flint S. Necrotizing sialometaplasia: an
unusual bilateral presentation associated with antecedent anaesthesia and

JADC ¢ www.cda-adc.ca/jadc ® Mai 2007, Vol. 73, N° 4 e 335



— Sandor —

lack of response to intralesional steroids. Case report and review of the
literature. Br Dent J 2004; 196(2):79-81.

23. Walker GK, Fechner RE, Johns ME, Teja K. Necrotizing sialometaplasia of
the larynx secondary to atheromatous embolization. Am J Clin Pathol 1982;
77(2):221-3.

24. Chakravorty RC, Yoneyama T, Makooi C. Necrotizing sialometaplasia of
palate. BrJ Surg 1979; 66(4):283-4.

25. Miller AS, Pullon PA. Ulcers on the palate. Gen Dent 1982;
30(6):468-72.

336 JADC ¢ www.cda-adc.ca/jadc ® Mai 2007, Vol. 73, N° 4 e





