European Journal
of Case Reports
in Internal Medicine

DOUBLE THE TROUBLE: A RARE FINDING OF GASTRITIS
CYSTICA PROFUNDA IN A PREVIOUSLY UNOPERATED
YOUNG FEMALE WITH CONCOMITANT HELICOBACTER
PYLORIINFECTION

Gaelle-Christie Haddad?, Nicolas Moussallem?, Sergio Sbeih?, Karam Karam?, Elias Fiani?

! Department of Internal Medicine, University of Balamand, Beirut, Lebanon
2 Department of Gastroenterology, University of Balamand, Beirut, Lebanon

Corresponding author’s e-mail: elias.fiani@hotmail.com

Received: 23/08/2024
Accepted: 26/08/2024
Published: 18/09/2024

Conflicts of Interests: The Authors declare that there are no competing interests.
Patient Consent: The patient in this case has given written informed consent to publication of their case details.
This article is licensed under a Commons Attribution Non-Commercial 4.0 License

How to cite this article: Haddad GC, Mousallem N, Sbeih S, Karam K, Fiani E. Double the trouble: a rare finding of gastritis cystica profunda in a previously
unoperated young female with concomitant Helicobacter pylori infection. EJCRIM 2024;11:d0i:10.12890/2024_004845

Gastritis cystica profunda (GCP) is a rare lesion of the stomach. It is characterised by hyperplasia and cystic dilation of
the gastric gland in the submucosal layer. It is usually believed to occur at the site of previous gastric surgeries, as the
anastomotic remnants act as a foundation for the development of the lesion. We present a case of a 39-year-old female,
previously healthy with no history of gastric surgeries, who sought medical care for melena and lethargy of one month’s
duration. Her complete blood count showed a significant drop in haemoglobin (from 13 to 9 g/dl). Upper endoscopy
revealed a submucosal lesion in the pre-pyloric region; biopsies showed the characteristic findings of GCP. The latter is a
rare cause of upper gastrointestinal (Gl) bleeding and its diagnosis and treatment remain challenging. Medical literature
has not unveiled its association with chronic inflammation and Helicobacter pylori infection as many cases are being found
in previously unoperated individuals. Even though GCP remains a rare entity, it should be incorporated in the differential
diagnoses of upper Gl bleeding and further prospective studies should highlight other contributing factors.

Gastritis cystica profunda, submucosal lesion, upper gastrointestinal bleeding

Gastritis cystica profunda (GCP) is a rare lesion of the stomach.
GCP is seldom included in the differential diagnosis of an upper Gl bleed.
GCP can be considered as a premalignant lesion or can portend an underlying malignancy.

INTRODUCTION in the submucosal layer!!. It is distinct from more common
Gastritis cystica profunda (GCP) is arare benign lesionof the  types of gastritis that involve inflammation of the gastric
stomach characterised by cystic dilation of gastric glands  lining without cystic formation. GCP is usually found in male

i ’
Publisher 0

JEFIM _ZF5MC

media srl

European Federation of Internal Medicine

© EFIM 2024 - European Journal of Case Reports in Internal Medicine - Doi: 10.12890/2024_004845



patients who had previously undergone gastric surgeries at
the site of gastric anastomosis!?.

The pathogenesis of GCP involves a combination of
ischaemia, mucosal injury, altered gastric secretion and
chronic inflammation of the gastric mucosa. Together, these
factors distort the normal architecture of the gastric mucosa
resultingin hyperplasia of gastric glands and subsequent cyst
formation®. In many individuals, GCP is found incidentally
on routine endoscopy. When symptoms occur, they are non-
specific and can be mistaken for other gastric conditions!*°..
Endoscopic modality is the best choice to diagnose and treat
GCP as opposed to traditional surgical resection, as it is
less invasive and causes minimal trauma to the stomach!®.
Despite being benign, several studies have reported a
correlation between GCP and the development of gastric
adenocarcinomal”’. However, concomitant Helicobacter pylori
infection and GCP formation is still not well highlighted. We
present a rare case of a young female patient, with no known
gastric surgeries, who was found to have GCP in the unusual
pre-pyloric area while being co-infected with H. pylori.

CASE DESCRIPTION

A 39-year-old female patient, non-smoker with no known
drug allergies and previously healthy, was hospitalised due
to anaemia, fatigue and dizziness of one month’s duration.
On admission, complete blood count showed a severe drop
in haemoglobin (from 13 to 9 g/dl) and a positive faecal
occult blood test.

She was scheduled for an upper endoscopy as part of medical
workup. The patient has no pertinent past medical history
and is not on any chronic medication. She denied any family
history of Gl disorders and has not undergone any previous
abdominal surgeries. Upon physical examination, there was
no pathological findings in the abdomen, and the patient
denied any weight loss, nausea, vomiting or abdominal pain.
An upper endoscopy showed a 25 mm pedunculated
polypoid mass (Fig. 1) with central umbilication (Fig. 2)
situated at the pre-pyloric area, which was immediately
removed by snare-assisted polypectomy. Biopsies of the
lesion revealed characteristic pseudo-invasion of benign
cystically dilated gastric glands into the muscularis propria
but without dysplastic changes and no evidence of mitoses,
corroborating a diagnosis of GCP (Fig. 3). In addition, H. pylori
colonisation was noted.

The patient was reassured and discharged on bismuth-
based quadruple therapy as an eradication regimen for H.
pylori. A repeat endoscopy was scheduled in 6 months, which
revealed complete resolution of GCP with normal biopsies
and absence of H. pylori. The patient’s symptoms had abated
and her haemoglobin level normalised (13 g/dl).

DISCUSSION

We present a rare case of a benign submucosal lesion known
as GCP; the term was first described by Littler et al.in 19721,
It has been theorised that GCP arises secondary to prior
gastric trauma and chronic inflammation. It is characterised
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Figure 1. Upper Gl endoscopy showing a 25 mm pedunculated

polypoid lesion in the pre-pyloric region.

Figure 2. Upper endoscopy demonstrating umbilication of the pyloric

polypoid lesion.

Figure 3. A histological view revealing multiple cystically dilated

glands extending beyond the muscularis mucosa into the submucosa,
corroborating a diagnosis of GCP.
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by the presence of benign cysts within the gastric mucosal?.
Patients with GCP may present with a variety of symptoms,
ranging from being completely asymptomatic to full-blown
symptoms. When symptoms do occur, they can be quite
non-specific and may overlap with other gastric disorders!®.
Common symptoms may include abdominal pain (ranging
from mild discomfort to more significant pain, often located
in the upper abdominal region), nausea, vomiting, abdominal
fullness, loss of appetite, weight loss and chronic upper
Gl bleeding!®. Our patient presented to the emergency
department due to severe lethargy and dizziness of one
month’s duration. The patient was found to have a significant
drop in haemoglobin and anaemia workup was sought
accordingly (from 13 to 9 g/dl). Presenting symptoms may
represent a wide variety of differential diagnosis including
peptic ulcer disease, variceal bleeding, angiodysplasias and
Mallory Weiss syndrome. Given its low prevalence in the
population, GCP was not in our differential diagnosis. In our
experience, the first examination performed to identify the
cause of upper Gl bleed was an upper Gl endoscopy, which
revealed a submucosal broad-based lesion in the stomach!™.
These endoscopic features were compatible with GCP and
later confirmed by biopsy.

As for the location of GCP, Xu et al. performed endoscopic
resection in 34 patients from a single centre in China and
reported the location of every specimen'!, It was found that

Author

Symptoms

Location

15 lesions were dissected from the cardia (41.1%), 12 from
the antrum (35.3%), 4 from the corpus (11.8%), 2 from the
angularis (5.9%) and 1 from the stomach fundus (2.9%). None
of the specimens were found in the pre-pyloric regionl¢.
In our case, GCP was isolated from the pylorus. Hence,
GCP should be suspected and included in the differential
diagnosis of every gastric submucosal tumour independently
of its location.

GCP is believed to occur at the site of previous surgical
anastomosis as a result of mucosal injury and disruption of
the normal gastric architecture, leading to the invagination
of the gastric glands in the submucosal layer*?. However,
in our case and among other cases found in the literature,
patients had no prior history of gastric surgery, suggesting
the need to look for other potential contributing factors.
Medical literature has still not offered a clear pathological
process for previously unoperated cases; however, it is
believed that chronic gastric inflammation plays a major
role in the development of GCPP?. Both mucosal damage
and ischaemia manifesting in gastritis promote a suitable
environment for the emergence of GCP!?,

Inthe 11 articles reviewed later, we stratified patients based
on their H. pylori status. H. pylori is the most common cause
of acute and chronic gastritis and might be considered as
the major contributor for GCP formation in previously
unoperated patients (Table 1). Moreover, most cases of GCP

Operated
stomach?

H. pylori

Infection Treatment

Abdominal pain,
low back pain, bloating
Oztruk et al.l*4 44 F and vomiting Antrum Yes - Mass excision with laparotomy
Abdominal pain and
vomiting
Yu et al.l”! 43 F Asymptomatic Antrum No - Distal gastrectomy
Wang et al.l**! 69 | M Diffuse abdominal pain | A No - Six months surveillance
and melena
Shimizu et a5 72 F Anorexia and weight Pre-pyloric | No Yes Submucosal dissection with
loss open laparotomy
Proximal gastrectomy with
Diizenli et al 16! 70 F MlIf:J dysphagia an'd Body No ) extended lymphadenectomy,
resistant dyspepsia splenectomy and total
omentectomy
General discomfort Distal gastric resection with
De Stefano et al.l'”! 61 M and multiple episodes | Antrum No - . & R
Billroth Il-type reconstruction
of melena
Du et al.l®! 43 F Ir?termlttent epigastric Antrum No - Distal gastrectomy
discomfort
Machicado et al.*®! 61 F Eplgastrllc.paln, Nausea | Antrum No - Partial gastrectomy
and vomiting
Linetal.™ 50 |M Incidental finding on Body No No No surgical intervention
routine endoscopy
Noh et al.l*") 61 M Inac!ental finding on Body No Yes Laparoscopic wedge resection
routine endoscopy
Severedropin
QOur case 39 F haemoglobin and Pre-pyloric | No Yes Snare-assisted polypectomy
melena

Table 1. Summary of clinical and pathological features of 11 cases of GCP.
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in unoperated stomachs were found to be associated with
the development of subsequent gastric cancer, or were
found within gastric cancer specimenst. GCP has been
recently considered as a precancerous lesion and many cases
in the literature reported the association between GCP and
cancer®1+12 |n addition, Moon et al. reported the presence
of dysplasia within some GCP samples, further highlighting
the correlation between GCP and gastric cancer®. Hence,
chronic inflammation caused by H. pylori infection can be
considered as a potential driving factor for the development
of GCP, which in turn can be associated with the occurrence
of gastric cancer or could be a heralding sign of present
malignancy”!. Effective detection and prompt diagnosis
of GCP are required to halt the precancerous cascade
and development of invasive gastric cancer. Furthermore,
little is found in the literature regarding the standardised
treatment of GCP and the duration of follow-up, making
cancer association not well established®. H. pylori infection
was detected in our case, and as discussed previously it
may be associated with gastric cancer, thus there is a need
to eradicate it. Bismuth quadruple therapy, which consists
of a proton pump inhibitor, bismuth, tetracycline and
metronidazole, was initiated.

We conducted a review of 11 cases of GCP in operated and
unoperated stomachs using PUBMED as our database and
included our case. The mean age was 57: four individuals
were men and seven were women (women-to-male ratio
1.75). 10 out of 11 cases involved patients with a previously
unoperated stomach. The symptoms reported were diffuse
abdominal tenderness, loss of appetite, anorexia, vomiting,
heartburn, haematemesis and melena. Notably, three cases
were asymptomatic and found incidentally during routine
endoscopy. The lesions were located as follows: six in the
gastric antrum, three in the gastric body and two in the pre-
pyloric area. As for H. pylori infection, it was only confirmed
in two patients.

Treatment approaches varied: three patients underwent
distal gastrectomy, one had a proximal gastrectomy, one
underwent partial gastrectomy, one was treated with
endoscopic submucosal dissection, two were monitored
with observation and two had submucosal dissection with
open laparotomy. In our case, we employed snare-assisted
endoscopic resection. Literature has still not offered a clear
and standardised treatment plan for GCP; nevertheless, our
case underscores the effectiveness and sufficiency of snare
polypectomy in the complete excision of GCP.

CONCLUSION

GCP is an exceedingly rare submucosal tumour of the
stomach that is seldom included in the differential diagnosis
of upper Gl bleed. Patients typically present with non-
specific symptoms and sometimes remain asymptomatic.
GCP should be suspected in every submucosal tumour of the
stomach irrespective of its location. The pre-pyloric region
was previously deemed uncommon for the development of
GCP.

GCP canoccurinunoperated stomachs contrary towhat was
assumed previously, and chronic inflammation plays a major
role in its development. Thus, further prospective studies
should be conducted to evaluate the correlation between H.
pylori and GCP as H. pylori remains the most common cause
of chronic gastritis.

GCP can be considered as a premalignant lesion or can
portend a present malignancy. Effective diagnosis and
treatment modalities must be established to prevent the
precancerous cascade.

REFERENCES

1. Littler ER, Gleibermann E. Gastritis cystica polyposa. (Gastric mucosal
prolapse at gastroenterostomy site, with cystic and infiltrative epithelial
hyperplasia). Cancer 1972;29:205-209.

2. Franzin G, Novelli P. Gastritis cystica profunda. Histopathology
1981;5:535-547.

3. Fonde EC, Rodning CB. Gastritis cystica profunda. Am J Gastroenterol
1986;81:459-464.

4. LinSH, Liu W, Yan XL. Gastritis cystica profunda. J Gastrointest Surg
2024;28:592-593.

5. Shimizu S, Hara H, Muto Y, Kido T, Miyata R. Gastritis cystica profunda
in an unoperated stomach mimicking a pyloric submucosal tumor
and causing anorexia: a case report and literature review. Medicine
(Baltimore) 2024;103:e37652.

6. XuG,PengC,LiX, Zhang W, Lv Y, Ling T, et al. Endoscopic resection of
gastritis cystica profunda: preliminary experience with 34 patients from
asingle center in China. Gastrointest Endosc 2015;81:1493-1498.

7. Kuwahara N, Kitazawa R, Fujiishi K, Nagai Y, Haraguchi R, Kitazawa S.
Gastric adenocarcinoma arising in gastritis cystica profunda presenting
with selective loss of KCNE2 expression. World J Gastroenterol
2013;19:1314-1317.

8. DuY,Zhang W, MaY, Qiu Z, Zhebing Q.Gastritis cystica profunda: a case
report and literature review. Ann Palliat Med 2020;9:3668-3677.

9. Yu XF, Guo LW, Chen ST, Teng LS. Gastritis cystica profundain a
previously unoperated stomach: a case report. World J Gastroenterol
2015;21:3759-3762.

10. Ogasawara N, Noda H, Kondo Y, Yoshimine T, Sugiyama T, Kimura M, et
al. A case of early gastric cancer arising from gastritis cystica profunda
treated by endoscopic submucosal dissection. Case Rep Gastroenterol
2014;8:270-275.

11. Mitomi H, Iwabuchi K, Amemiya A, Kaneda G, Adachi K, Asao T.
Immunohistochemical analysis of a case of gastritis cystica profunda
associated with carcinoma development. Scand J Gastroenterol
1998;33:1226-1229.

12. Park JS, Myung SJ, Jung HY, Yang SK, Hong WS, et al. Endoscopic
treatment of gastritis cystica polyposa found in an unoperated stomach.
Gastrointest Endosc 2001;54:101-103.

13. Moon SY, Kim KO, Park SH, Yoo KS, Park CH, Kim JH, et al. Gastritis
cystica profunda accompanied by multiple early gastric cancers. Korean J
Gastroenterol 2010;55:325-330.

14. Ozturk A, Kaya C, Tahaoglu C. Cystica Profunda. IBIMA Publishing
International Journal of Case Reports in Medicine 2014;2014. Accessed
September 17, 2024.

15. Wang W, Thanjan A, Patel R, Ashley C, Mehboob S. Upper Gl Bleed
Caused by Gastritis Cystica Profunda in an Unoperated Stomach. Am J
Gastroenterol 2010;105:5181.

16. Duzenli T, Tanoglu A, Kiiglikodaci Z. An extremely rare gastric lesion:
gastritis cystica profunda. Journal of Health Sciences and Medicine
2020;3:493-495.

17. De Stefano F, Graziano GMP, Vigano J, Mauro A, Peloso A, Peverada J, et
al. Gastritis Cystica Profunda: A Rare Disease, a Challenging Diagnosis,
and an Uncertain Malignant Potential: A Case Report and Review of the
Literature. Medicina (Kaunas) 2023;59:1770.

18. Machicado J, Shroff J, Quesada A, Jelinek K, Spinn MP, Scott LD, et al.
Gastritis cystica profunda: Endoscopic ultrasound findings and review of
the literature. Endosc Ultrasound 2014;3:131-134.

19. Noh SJ, Kim KM, Jang KY. Gastritis cystica profunda with predominant
histiocytic reaction mimicking solid submucosal tumor. Turk J
Gastroenterol 2020;31:726-728.

© EFIM 2024 - European Journal of Case Reports in Internal Medicine - Doi: 10.12890/2024_004845



