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The authors report a case of sebaceous adenoma of the submandibular gland and discuss the clinical and 
histologic characteristics of this rare neoplasm. (Oral Surg Oral Med Oral Pathol Oral Radiol Endod 1996;82:200-3) 

Sebaceous  adenomas  o f  sa l ivary gland or igin are ex- 
t remely  rare tumors,  compr i s ing  0.1% of  all sa l ivary  
g land neop lasms  and less than 0.5% of  sa l ivary ade-  
nomas.  1 Cutaneous  sebaceous  adenomas  present  as 
s low-growing  painless  f i rm masses;  they appear  pre-  
dominan t ly  during the sixth and seventh decades  of  
l ife 2 as sol i tary les ions  o f  the face  or  scalp. 3 Rulon  and 
He lwig  4, in a large  s tudy of  cutaneous sebaceous  
neoplasms,  repor ted  their  occurrence  main ly  on the 
nose,  cheek,  or scalp wi th  a s low rate o f  tumor  growth  
in 80% of  cases.  

His to logica l ly ,  sebaceous  adenomas  are ben ign  
neoplasms  bas ica l ly  consis t ing o f  sebaceous cel ls  ar- 
ranged  in nests wi th  min ima l  a typia  or p l e o m o r p h i s m  
and no tendency  to invade  local  structures. 5 They  are 
typ ica l ly  c i rcumscr ibed ,  and m a y  be  solid or  cystic.  6 
Those  arising in sa l ivary  gland tissue preferent ia l ly  
affect  the paro t id  gland.  7 

The t rea tment  consists  of  surgery,  and no recur-  
rence is obse rved  i f  they are proper ly  excised.  5 

CASE REPORT 
A 44-year-old white man came to the Stomatology De- 

partment of A.C. Camargo Hospital in August 1993, with 
a large growth that he had had for 4 years in the floor of 
the mouth. The patient reported that 3 years earlier an at- 
tempt had been made to remove the lesion. Because the le- 
sion persisted, he sought medical care at another hospital 
at which time a needle aspiration biopsy was interpreted as 
a salivary gland malignant neoplasm, and an incisional bi- 
opsy was diagnosed as hemangioma. The patient then de- 
cided to look for another institution and came to our hos- 
pital. It was not possible for us evaluate the earlier histo- 
logic material. 

Physical examination revealed a patient in good health 
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Fig. 1. Clinical aspect of lesion located on right side of 
floor of mouth appears as movable mass covered by nor- 
mal mucosa. 

with a slight facial asymmetry because of a large growth 
in the right submandibular region. Intraoral examination 
revealed a movable firm painless submucosal mass, cov- 
ered with normal mucosa and measuring 5 cm in diameter 
on the right side of the floor of the mouth (Fig. 1). Tongue 
movements were preserved. 

Tentative clinical diagnoses of sialolithiasis, benign 
neoplasm of mesenchymal origin, and salivary gland neo- 
plasm were made. An occlusal radiograph of the floor of 
the mouth was taken, excluding the presence of salivary 
calculus. Salivary gland scintigraphy disclosed functional 
involvement of the submandibular gland. 

With the patient under a general anesthesia, the lesion 
was removed completely via an intraoral approach. The 
gross specimen consisted of a firm, encapsulated, well-de- 
limited, nodular mass, measuring 4.5 x 4.0 x 3.2 cm (Fig. 
2). The surface had a fasciculated and lobulated appearance 
and was yellowish-white in color. 

Histologic examination revealed sebaceous cells ar- 
ranged in nests showing marked variation in size (Fig. 3). 
A few duct-like structures were set in a fibrous stroma; 
these cells exhibited focal atypia and pleomorphism (Fig. 
4). Areas with oncocytic metaplasia (Fig. 4), histiocytes, 
and foreign body giant cells were also noted. The mucicar- 
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mine stain demonstrated focal positivity in some cells of the 
ductal component but not in the sebaceous cells; this led to 
a diagnosis of sebaceous adenoma. 

After a follow-up of almost 2 years, the patient exhibits 
no sign of recurrence. 

DISCUSSION 
Sebaceous elements are commonly found in the 

parotid 8-1~ and submandibular glands 8 and are also 
observed in normal salivary tissue adjacent to benign 
or malignant tumors 7' 8, 10 and inflammatory lesions. 7 
They were first described by Hamperl  7 in the sub- 
mandibular gland of four patients and in the parotid 
gland of one patient. In a study of 133 parotid tumors, 
Meza-Chavez 1~ found sebaceous differentiation in 33 
(24.8%) glands in the adjacent normal parotid gland. 
Since these reports, several cases of sebaceous gland-  
containing salivary gland tumors and intrasalivary 
gland sebaceous gland adenomas of the major sali- 
vary glands have been documented)  1-12 

The origin of  sebaceous differentiation in salivary 
glands is unknown. Rawson and Horn 13 suggested 
that, because of the ectodermal origin of parotid 
glands, it would not be surprising that the ducts of this 
gland could differentiate into structures resembling 
sebaceous elements. However, this theory does not 
explain the occurrence of sebaceous elements in the 
submandibular gland, which is of  endodermal ori- 
g in)  4 Sebaceous differentiation may result from a 
metaplastic process as a result of  ductal obstruction 
from a tumor or inflammatory process, it may be 
congenital in origin, or it may naturally develop later 
in life. 5 Most authors agree with the last theory. The 
rare occurrence of sebaceous components in salivary 
glands of  children before puberty 8 argues against the 
congenital presence of sebaceous differentiation. The 
prevalence of sebaceous components increases mark- 
edly after puberty, and a frequency of 10% to 20% is 
reported in young and middle-aged adults. Possibly 
the same factors that activate sebaceous glands in the 
skin during puberty do the same in the salivary glands. 

Because sebaceous differentiation in salivary 
glands is a common finding, sebaceous neoplasms 
could be expected to occur in salivary glands. How- 
ever, the incidence of primary salivary gland seba- 
ceous tumors is very low compared with the normal 
frequency of sebaceous gland tissue within the sali- 
vary glands. This fact suggests that the pathogenetic 
mechanisms of salivary gland sebaceous differentia- 
tion and salivary gland sebaceous tumors are quite 
different. 7 

The criteria for establishing the diagnosis of seba- 
ceous adenoma are as follows3: (1) a sharply circum- 
scribed lesion with an organoid pattern; (2) irregular- 

Fig. 2. Macroscopic view of surgical specimen shows 
well-demarcated nodular structure. 

ity of  size and shape of the sebaceous lobules; (3) ap- 
pearance of both mature sebaceous cells and small 
germinal cells that may be arranged in an irregular 
pattern; and (4) lack of a dilated excretory duct or a 
common excretory duct after serial sections. 

The microscopic description of our case satisfies 
the above criteria. Rulon and Helwig 4 have estab- 
lished these criteria for cutaneous sebaceous ade- 
nomas and also use them to differentiate this neo- 
plasm from sebaceous hyperplasia. In addition, Lever 
and Schaumberg-Lever 2 note that in sebaceous hy- 
perplasia the lobules are grouped around a central 
wide duct that empties on the surface. 

In a review of the literatm'e, Gnepp 7 found reports 
of  18 cases of  sebaceous adenoma with an age distri- 
bution that ranged from 22 to 90 years. Most of  the 
tumors occurred in men. The principal location was 
the parotid gland followed by the buccal mucosa. The 
present case is probably the third described in the 
floor of  the mouth in the region of the submandibular 
gland. According to Daley, 15 there have been eight 
lesions reported as intraoral sebaceous adenomas in 
the English-language literature, but of the seven non- 
salivary lesions, only four meet the microscopic cri- 
teria for a diagnosis of sebaceous adenoma. 

In the literature, tumors varied in size from 0.4 to 
3.0 cm in diameter; they were commonly encapsu- 
lated or sharply circumscribed. 7 The lesion of the case 
reported here measured 4.5 cm, probably the largest 
lesion described. 

Many tumors are microcystic and are composed 
predominantly of sebaceous glands that vary mark- 
edly in size and tortuosity. The neoplasms are em- 
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Fig. 3. A, Sebaceous adenoma from submandibular gland demonstrates individual irregular sebaceous 
glands in a fibrous stroma. (Hematoxylin-eosin stain; original magnification x18.) B, high power view of 
same tumor demonstrates nests of sebaceous cells with minimal atypia. (Hematoxylin-eosin stain; original 
magnification x200.) 

bedded in a fibrotic stroma and in some cases exhibit 
oncocytic metaplasia. 7 The precise origin of onco- 
cytes and the cause of the oncocytic change are not 
known. Possibly these oncocytes represent the trans- 
differentiation of the cells of  an aging organ or an ad- 
aptation to cell damage. Musebeck 16 suggests that the 
transformation could be induced by factors causing a 
disturbance of respiration and oxidizing phosphory- 

lation compensated by an increase of  energy supply- 
ing factors. 

Several tumors demonstrate focal positivity for 
mucicarmine staining in ductal components but not in 
sebaceous cells. The finding of sebaceous tumors 
with a mucin-producing component and of a mucin- 
producing carcinoma emphasizes the pluripotential 
nature of the salivary gland ductal elements. This 
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Fig. 4. Sebaceous adenoma exhibits marked oncocytic metaplasia. 

mus t  be  careful ly  eva lua ted  to de te rmine  i f  the seba-  
ceous  e lements  are ben ign  or mal ignant .  7 

Surgical  r emova l  wi th  a normal  t issue margin  is the 
mos t  effect ive therapy and was appl ied  in the present  
case  with good  results.  These  lesions infrequent ly  re- 
cur  as shown in the l i terature.  5' 7 

Recent ly ,  several  authors  % 5, 7, 17 have  emphas ized  

the associa t ion  o f  sebaceous  neoplasms  of  the skin 
wi th  an increased  r isk  o f  deve lop ing  visceral ,  espe-  
c ia l ly  colonic ,  carc inomas .  The  l i terature also de- 
scribes a case  of  sebaceous  adenoma  associa ted with 
a prostat ic  carc inoma;  5 In our  case there was no as- 
socia t ion  with  any other  tumor,  but  the pat ient  is still 
be ing  fo l lowed  up despi te  the low r isk  of  local  recur-  
rence  or  o f  the occurrence  of  another  kind o f  
neoplasm.  
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