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Abstract: A solitary rectal hamartomatous polyp is rare and it is considered to be either a variant of Peutz-
Jeghers syndrome (PJS) or a separate entity. Patients do not have cutaneous manifestations and have only one
hamartomatous polyp. Most are incidentally diagnosed during endoscopy/colonoscopy for other indications.
This report describes the case of a 18-year-old female who presented with abdominal pain and per rectal
bleeding. The initial colonoscopy showed large polypoidal pedunculated mass arising from lateral wall of
rectum with CT Scan abdomen and pelvis showing asymmetrical thickening of rectal wall noted starting 1.5 cms
from anal opening. She was diagnosed as solitary hamartomatous polyp with mucin secreting adenocarcinoma
rectum ,which was treated by surgery.
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I.  Introduction

Peutz-Jeghers syndrome is a rare, autosomal-dominant disorder characterized by hamartomatous
polyps in any part of the alimentary tract and mucocutaneous pigmentation, first described by Jan Peutz in
1921[1]. Recently, a patient with a Peutz-Jeghers polyp without either mucocutaneous pigmentation or a
positive family history was described as a case of solitary Peutz-Jeghers-type hamartomatous polyp. It has been
suggested that this condition should be considered as a clinical entity different from Peutz-Jeghers syndrome[2].
A solitary Peutz-Jeghers-type hamartomatous polyp is histologically characterized by tree-like branching of
smooth muscle fibers, with a core of smooth muscle, covered by mucosal tissue of near-normal appearance[3].
A solitary Peutz-Jeghers-type hamartomatous polyp in the rectum is rare. Here we describe a case of solitary
Peutz-Jeghers-type hamartomatous polyp and their endoscopic and histopathological findings in detail with a
focus of adenocarcinoma present within a solitary Peutz-Jeghers-type hamartomatous polyp[4].

I1. Case Report

An 18 years female presented to the surgical Out Patient Department with complaints of bleeding per
rectum and mass per anum since 2 months. There was no significant family history of PJS.

On examination there was no mucocutaneous pigmentation. Upper gastrointestinal endoscopy was
unremarkable. On colonoscopy a large polypoidal pedunculated mass was seen arising from lateral wall of
rectum and rest of the colon appearing normal. Polypectomy was done and sent for the histopathological
examination. On Gross, specimen consisted of single piece of grey brown tissue measuring 6x5x2.5cms. Cut
section showed mucoid areas. On Microscopy, sections showed a polyp with smooth muscles of muscularis
mucosa showing tree-like branching covered partly with benign mucous secreting colonic epithelium and partly
showing a tumour consisting of round to polygonal mucin secreting cells with vesicular nucleus and prominent
nucleoli with pools of mucin and the tumour cells floating in it. Mitotic figures and signet ring cells are seen.

Features suggestive of a Mucin secreting adenocarcinoma within the Puetz-Jheghers type of
hamartomatous polyp in rectum. Repeat colonoscopic biopsy from the polypectomy site showed sections free
from tumour.

I11. Discussion

As compared with PJS, Peutz-Jeghers type hamartomatous polyps are diagnosed at a more advanced
age, in the absence of mutation of the STK11/LKB-1 gene, and without familial history and mucocutaneous
pigmentation [5]. Previous reports showed that polyps due to PJS had 3-6% of neoplastic change, such as
adenomas or carcinomas [6]. Although solitary Peutz-Jeghers type hamartomatous polyps have been considered
to show a lower potential for malignant transformation as compared to PJS, three cases of solitary Peutz-Jeghers
type hamartomatous polyps with malignant components have been reported since 2008, and the total malignant
transformation rate of solitary Peutz-Jehgher type hamartomatous polyps was 4 out of 27 (14.8%) [7].
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The most serious problem in PJS is an increased risk of cancer in the gastrointestinal tract. The
occurrence of cancer in the gastrointestinal tract has been reported in 20-25% of patients with PJS, and a risk of
cancer in other organs has also been reported, including the ovary, breast, bladder, pancreas and thyroid [8].

IV. Figures

Fig 1-Microscopy showing a polyp with smooth
muscles of muscularis mucosa showing tree-like
branghing invading between the epithelium. H&E

y "‘ LT
Fig 2- Similar picture showing the smooth muscle
bundles invading through muscularis propria.
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Fig 4-Microscopy showing tumour cells floating
in mucin pool. (H&E 10x10)

Fig 3-Microscopy showing partly benign mucous
secreting epithelium with tumour cells floating in
the mucin pool. (H&E 10x10)

V. Conclusion
Peutz-Jeghers type of hamartomatous polyp are generally considered to have low malignant potential
compared to polyp associated with PJS. Though it has a low malignant potential, it should be treated by
endoscopic or surgical resection and the patient needs whole-body screening.
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