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Abstract

Although well characterized in the head and neck, heterotopic salivary gland
tissue within the sub mucosa of the gastrointestinal tract is a rare finding that
has not been clinically well defined. Only 4 reports of heterotopic salivary gland
rectal tissue have been previously reported in the literature. We review the
previous literature and report on a 65 year old male referred for chronic diarrhea
and fecal incontinence who was found with heterotopic salivary gland rectal
tissue on colonoscopy. Unique features that have not been previously described
within this cohort that were found in this patient include redundant colon and
chronic colitis with eosinophilia which suggests a possible causal association.
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Case Presentation

The patient was a 65 year old male who was referred for
evaluation of chronic diarrhea and new onset fecal incontinence.
The patient noted the onset of fecal incontinence 18 months prior to
initial evaluation after a traumatic fall. Fecal incontinence was noted
with exacerbations of his cervical neck pain leading to the involuntary
passage of non-bloody loose stool. The patient took Lope amide for
chronic non-bloody watery diarrhea, Naproxen 500 milligrams by
mouth twice daily for chronic musculoskeletal pain and Omeprazole
20 milligrams by mouth daily for gastro esophageal reflux disease.
On physical examination the patient pleasant and cooperative in no
apparent distress and abdominal exam was benign with a reducible
ventral hernia; intact norm active bowel sounds, and was soft non-
tender to palpation. On rectal exam the patient had no per anal
anesthesia, positive anal wink test, normal sphincter tone with ability
to contract voluntarily, no per anal masses and brown non-bloody
stool in the rectal vault. Electromyography study of the rectum
demonstrated normal nerve conduction. Colonoscopy demonstrated
redundant colon, a large rectal polyp measuring 2 cm which on
gross examination was concerning for sub mucosal diploma versus
characinoid lesion (Figure 1), two 5 to 6 mm diminutive colonic
ploys, moderate left colon diverticulitis and internal hemorrhoids.
Histopathological evaluations of biopsies were significant for ectopic
salivary gland tissue in the sub mucosa of the rectum with mixed
serous and mutinous glands (Figure 2) as well as poly poidcecal
and transverse colonic lesions with mild chronic colitis and tissue
eosinophilia. Flexible sigmoidoscopy was performed 4 months after
the initial colonoscopy and was unremarkable for any residual rectal
lesion. Subsequent endoscopic ultrasound showed a normal 5-layer
wall pattern of the rectal wall without per rectal lymphadenopathy or
endosonographic abnormalities of the bladder, prostate and seminal
vesicles.

Discussion

Heterotopic sub mucosal rectal tissue is a rare finding that has
been most commonly described as involving gastric mucosa and
may present either asymptomatically or with painless rectal bleeding,
tenesemus with a discrete ulcer, or even fistula formation to the
bladder [1-3]. Rare non-gastric heterotopic rectal tissue has been
reported including pancreas [4], prostate [5], respiratory mucosa
[6,7] and salivary gland tissue [2,8-10].

Rectal salivary gland heterotopias has been described in four
previous cases [2,8-10]. Including the present study, four of five
patients were male with an age range from 24 to 65 years old. Two
patients presented with rectal bleeding whereas three patients were
asymptomatic. Gastric tissue was associated with two of the five
patients described. The present patient’s finding of heterotopic tissue
was an incidental rectal polyp that did not extend into the adjacent
structures which is consistent with previous reports.

Salivary gland tissues are generally restricted to the head and neck
where this is potential for malignant transformation [11]. Outside
of the rectum within the gastrointestinal tract heterotopic salivary
gland tissue has also been reported in the esophagus, jejunum, large
intestine and per anal “skin tag” [12-15]. Similar to the characteristics

Figure 1: (a) Endoscopic view of the sub mucosal polyploidy lesion, (b)
Residual lesion following electro cautery snare excision.
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Figure 2: (a) Heterotopic seromucinous glandular tissue (bracket) within the
rectal sub mucosa (arrowhead). (hematoxylin-eosin stain; 4x magpnification),
(b) Mucinous (solid arrow) and serous (clear arrow) acini characteristic of
salivary gland tissue (hematoxylin-eosin stain; 20x magnification).

of the patients with rectal salivary gland heterotopias, patients with
esophageal, jejuna, large bowel and per anal salivary heterotopias had
discrete masses that did not contain any other tissue types and were
not associated with malignancy.

Unique features in this patient included redundant colon and
chronic colitis with eosinophilia which are not features previously
associated with rectal salivary gland heterotopia. Mechanisms leading
to heterotopic rectal tissue are unclear however previously have been
proposed to be related to failure of developmental descent of the fetal
foregut, abnormal differentiation of pluripotent endodermis stem
cells or abnormal regeneration of mucosal cells leading to metaphase
following inflammatory conditions. The presence of chronic colitis
due to a possible allergic trigger in this patient suggests the later
mechanism of action.
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