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Rectal red blood loss in a healthy toddler is not always a juvenile polyp
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Abstract

Aim Heterotopic gastric mucosa is a well-known congenital
anomaly in Meckel’s diverticula and duplication cysts. Solitary
heterotopic gastric mucosa in the rectum is a rare and frequently
overlooked abnormality. Starting from a patient history, the lit-
erature is searched and all cases reported over the past 20 years
are reviewed and compared to a summary of the older cases.
Differences between adult and childhood presentation are outlined
and our patient is compared with prior reported cases. Case A
3-year-old girl presented with recurrent rectal blood loss caused
by heterotopic gastric mucosa without duplication cyst. She was
endoscopically treated with two-stage endoscopic surgical dis-
section (ESD). Up to now, rectal heterotopic gastric mucosa has
been reported in 34 adults and 24 children, including this patient.
There is an overall male dominance (69 %). Presenting complaints
in children were recurrent fresh blood loss per anum (96 %), pain
(46 %), perineal ulcers (25%), diarrhoea (8 %) and one patient had
an ano-cutaneous fistula. Endoscopy revealed a mucosal elevation
with a slightly different aspect (33%), a polyp (42%) and a solitary
ulcer (25%). Endoscopy in adults reveals more frequently polyps
compared to children. Treatment in childhood is mainly surgical
where adults are more frequently treated with endoscopic tech-
niques. Conclusion In a child with recurrent rectal bleeding in
good general health, it is important to withhold heterotopic gastric
mucosa in the differential diagnosis and take sufficient biopsies
during endoscopy. (Acta gastroenterol. belg., 2017, 80, 67-70).
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Introduction

Small amounts of faecal fresh red blood loss, in an
otherwise healthy child without constipation, suggest the
presence of a juvenile rectal polyp. Other causes such
as colitis, vascular abnormalities and fissures are often
associated with other symptoms. Recto-sigmoidoscopy
is indicated for diagnosis and eventual simultaneous
treatment. The following case points out the importance
of taking sufficient biopsies, even in case of minor
endoscopic abnormalities. An overview of all recently
reported cases of rectal heterotopic gastric mucosa is
given.

Case report

A 3-year-old girl in a good general health consulted
with recurrent faecal red blood loss since one year. The
blood was mixed with mucous stools. She complained
intermittently of tenesmus. Defaecation was regular and
tenesmus without other complaints. Anal inspection as
well as digital rectal exam were normal. A stool sample
was negative for enteropathogens. Rectosigmoidoscopy
could not detect a polyp but revealed a well-defined
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aberrant mucosa 1.5 cm from the margo ani (Figure 1 and
2) of which biopsies were taken. Pathologic examination
revealed ectopic gastric mucosa.

Fig. 1 and 2 — Well-defined lesion of aberrant mucosa (3 x 2
cm) at the right lateral rectal wall, 1.5 cm from the margo ani.
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Endoscopic treatment with argonplasma coagulation
was unsuccessful, whereupon omeprazole was started to
diminish the local erosive effects. After an asymptomatic
period of 10 months, the same symptoms recurred
despite omeprazole. An endoscopic submucosal dis-
section (ESD), lifting the mucosa with saline 0,9% was
performed. Histologic examination showed colonic
mucosa associated with gastric corpus-fundic type
mucosa. Following this procedure she has remained
asymptomatic.

Discussion

Heterotopic gastric mucosa is a congenital anomaly
and a well-known phenomenon in Meckel’s diverticula
or duplication cysts. Since the first paediatric report of
heterotopic gastric mucosa in the rectum in 1939 by
Ewell et al (1), only 24 paediatric cases are described (1-
9, 12). The number of reported cases is rapidly increasing
since the availability of endoscopy. As interventional
endoscopy has known an important evolution over the
past 20 years, the cases reported since 1994 (9 children
and 23 adults) were reviewed and compared to prior
reports (10,14). Results are given in Table 1 (children)
and Table 2 (adults).
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There is a male predominance (childhood 70% , adults
68%). The clinical presentation differs according to age.
All children were symptomatic presenting with fresh
rectal blood loss (2-9). This complaint was eventually
associated with diarrhoea (22%), tenesmus (22%) and
abdominal pain (55%). In adults one in three is asymp-
tomatic and 16% has occult blood loss. Adults complain
most frequently of pain (39%), blood loss (35%) and
diarrhoea (13%). Symptomatology did not change over
time. Median age at diagnosis in children decreased from
7 to 4 years, reflecting the availability of endoscopy. As
a result, the delay between onset of symptoms and diag-
nosis also decreased.

The endoscopic lesions in children were aberrant
mucosa (45%), a solitary ulcer (33%) and polyps (22%).
In contrast the historical paediatric cases had polyps in
53%, an abnormal mucosa in 27% and ulcers in 20%.
Adults displayed polyps (65%) and aberrant mucosa
(35%). The change in paediatric endoscopic presentation
over time as well as the adult presentation could point to
an evolution of the lesion over time. However, improved
endoscopic quality, detecting more subtle mucosal
changes cannot be excluded.

Table 1. — Overview of recently reported (since 1994) paediatric cases of rectal heterotopic gastric mucosa as well as a
summary of the older cases

Reference Gender, Symptoms Endoscopic Histopathology Treatment
(publ. year) age Finding
(2) Boy, RBPA Shallow pit Type not specified Surgery
(2002, Wiersma) 2 years Ulcer
3) Boy, RBPA Ulcer Mixed type mucosa Medication
(2004, De Angelis) 4.5 years Pain Endoscopic mucosectomy
Diarrhoea
4) Boy, RBPA Elevated aberrant Type not specified Medication
(2007, Garmendia) 4 years Pain mucosa Surgery
Diarrhoea
) Girl, RBPA Elevated aberrant Type not specified Medication
(2007, Cheli) 2 years Pain mucosa Surgery
(6) Girl, RBPA Polyp Fundic type mucosa Endoscopic ablation
(2010, Sauer) 5 years Medication
Endoscopic mucosectomy
(7 Boy, RBPA Elevated aberrant Type not specified Medication
(2010, Di Nardo) 6 years Pain mucosa Surgery
Tenesmus
(8) Boy, RBPA Polyp Fundic type mucosa Surgery
(2011, Kokil) 12 years
) Boy, RBPA Ulcer Fundic type mucosa Surgery
(2014, Al-Hussaini) 3 years Pain
Current Girl, RBPA Elevated aberrant Mixed type mucosa Endoscopic ablation
Case 3years Tenesmus mucosa Medication
Endoscopic mucosectomy
Summary 4,6 years 9 RBPA 4 Aberrant mucosa |3 Fundic 6 Surgery
9 paediatric cases (2y-12y) 5 Pain 3 Ulcers 2 Mixed 3 Endoscopic
6M,3F 2 Diarrhoea 2 Polyp 4 Not specified
2 tenesmus
Literature 7 years 14 RBPA 8 Polyp 10 Fundic type 13 Surgery
15 paediatric cases before 1994 | (1d-17 y) 6 Pain 4 Aberrant mucosa | 1 Corpus type 1 Trans-anal ablation
(10, 14) 11 M,4F 6 Perineal ulcer |3 Ulcer 1 Mixed type 1 Medication
1 Fistula 3 Unspecified

RBPA: red blood loss per anum
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Table 2. — Overview of recently reported (since 1994) adult cases of rectal heterotopic gastric mucosa as well as a summary
of the old cases

Reference Gender, age | Symptoms Endoscopic Histopathology Treatment
(publ. year) Finding
(10) Male, Pain Elevated aberrant Corpus type mucosa Medication
(1994, Devereaux) 31 years Diarrhoea mucosa
(11) Male, Pain Depressed aberrant | Fundic type mucosa Surgery
(1994, Srinivasan) 34 years mucosa
(12) Female, RBPA Polyp Mixed corpus-fundic Endoscopic loop resection
(1999, Campo) 36 years Pain type mucosa
Male, Anaemia Polyp Fundic type mucosa Endoscopic loop resection
34 years
(13) Male, RBPA Polyp Fundic type mucosa Endoscopic mucosectomy
(2000, Lascar) 48 years
(14) Male, Pain Polyp Fundic type mucosa Medication
(2004, Steele) 21 years Surgery
(15) Male, Asymptomatic | Polyp Corpus type mucosa Endoscopic loop resection
(200, Vieth) 46 years
(16) Male, Asymptomatic | Polyp Mixed corpus-fundic Medication
(2006, Davidoff) 60 years type mucosa
(17 Male, Occult blood Depressed aberrant | Fundic type mucosa Endoscopic mucosectomy
(2007, Ikematsu) 69 years mucosa
(18) Female, RBPA Elevated aberrant Mixed corpus-fundic Medication
(2009, Corrigan) 47 years Diarrhoea mucosa type mucosa Endoscopic ablation
(19) Female, Pain Polyp Type not specified Endoscopic resection
(2010, Limdi) 36 years
(20) Male, Asymptomatic | Elevated aberrant Corpus type mucosa Endoscopic mucosectomy
(2011, Reis) 53 years mucosa
210 Male, RBPA Polyp Corpus type mucosa Surgery
(2011, Marin) 22 years
(22) Female, Occult blood Flat aberrant Fundic type mucosa Endoscopic mucosectomy
(2011, Yamagishi) 68 years mucosa
(23) Male, RBPA Polyp Type not specified Surgery
(2012, Jotautas) 57 years Pain
(24) Male, RBPA Polyp Type not specified Surgery
(2012, Cheng) 57 years Pain Ulcer
(25) Male, RBPA Polyp Mixed corpus - fundic Surgery
(2012, Kim) 19 years Pain Ulcer type mucosa
(26) Male, Asymptomatic | Flat aberrant Corpus type mucosa None
(2012, Huelsen) 46 years mucosa
Male, Diarrhoea Polyp Corpus type mucosa None
51 years
27 Male, Pain Polyp Fundic type mucosa Endoscopic mucosectomy
(2012, Assimakopoulos) 48 years
(28) Female Asymptomatic | Polyp Fundic type mucosa Endoscopic loop resection
(2015, Swatec) 58 years
(29) Male RBPA Polyp Corpus Type Surveillance, medication
(2015, Chrysanthos) 22 years
(30) Male Asymptomatic | Aberrant mucosa Corpus Type Endoscopic mucosectomy
(2016, Tacopini) 63 years
Summary 47 years 8 Asymptomatic | 15 Polyp 8 Fundic type 12 Endoscopic
24 adult cases (19-69y) 9 Pain 8 Aberrant mucosa | 8 Corpus type 6 Surgery
18M,5F 8 Blood loss 2 Ulcer 4 Mixed type 3 Medication
3 Diarrhoea 3 Unspecified 3 No treatment
Literature 25 years 3 Asymptomatic | 5 Polyp 5 Fundic type 9 Surgery
11 adult cases published before | (19-51y) 8 Blood loss 3 Aberrant mucosa | 2 Corpus type 1 Endoscopy
1994 (10,14) SM,6F 4 Pain 3 Ulcer 3 Mixed type 1 Medication

1 Pyloric type

RBPA: red blood loss per anum

Although some historical cases report multiple
gastrointestinal locations of heterotopic gastric mucosa
(31, 32), a *Tc scan was reported in only 9/27 recent
patients. Seven confirmed the isolated heterotopic gastric

revealed a second endoscopic unconfirmed locus of *"Tc
uptake (11) and 2 were false negative (2, 4). Given these
numbers, one could question whether it is necessary to
submit all patients to this test.

mucosa in the rectum (3, 7, 11, 14, 19, 21, 23), one
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Histology in adults revealed fundic type mucosa
(3 %), corpus type mucosa (35%) and mixed mucosa
(17%). In paediatric cases, only fundic type mucosa
(60%) and mixed mucosa (40%) were described.

Removing the heterotopic gastric mucosa was
the treatment of choice in children as they were all
symptomatic. The majority was treated by transanal
surgery (67%), only 3 patients (33%) were treated
endoscopically. In adults treatment was more diverse.
Endoscopic removal was performed in 52%, surgery
in 26%, medication was given in 9% and no treatment
in 13%. The observed difference in treatment modality
between adult and paediatric cases is probably due to
less acquaintance with endoscopic mucosectomy in
paediatrics as indications for this technique are scarce.
The therapy in adults has made an important shift
from surgery (82%) in the older literature towards
endoscopic removal recently. Despite the description of
focal intestinal metaplasia (25) as well as differentiated
carcinoma (15) in adults with rectal heterotopic gastric
mucosa, there remains some discussion whether the
incidental finding of asymptomatic heterotopic gastric
mucosa in the rectum should be treated or just followed
(25). As children diagnosed with heterotopic gastric
mucosa in the rectum are always symptomatic and
most patients relapse during acid suppressive therapy,
resection of the heterotopic mucosa is considered the
treatment of choice (2). The shift towards endoscopic
resection of the mucosa in children has started recently
with only 3 reports on endoscopically treated children up
to now (3, 7, current case).

Conclusion

Heterotopic gastric mucosa in the rectum is a
known but rare cause of rectal blood loss in children.
Colonoscopic investigation with sufficient biopsies even
in presence of minimal mucosal changes is necessary to
make the diagnosis. Resection of the heterotopic mucosa
resolves symptoms.
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