
Introduction

Duodenal adenocarcinomas are rare, represent
0.3% of gastrointestinal and 33-45% of the small

bowel tumors, and with nonspecific symptoms, the
diagnosis is incidental.1-10 They are prevalent in the
second duodenal portion of people between 40 and
60 years.10 Risk factors include alcohol, smoked or
salt-cured foods, red meats, refined sugars, heredi-
tary nonpolyposis colorectal cancer, and familial ade-
nomatous polyposis.2,7,8 Duodenal adenocarcinoma
is strongly associated with the rare tubulovillous and
villous adenomas, a phenomenon favoring misdiag-
nosis or late cancer diagnosis.1,6-9 Endoscopy and im-
aging studies may detect the intraluminal polypoid
changes.1,4,6-9 Minimally invasive (endoscopic mu-
cosal resection or submucosal dissection) for the su-
perficial and complete resection for locally advanced
tumors are surgical options.10,11 Adjuvant or neoad-
juvant chemotherapy are tools for patients consid-
ered inoperable.7,10 Saint’s triad (ST) includes hiatus
hernia, cholecystopathy, and colon diverticulosis, but
aortic aneurysm and dilated cardiomyopathy are ad-
ditional changes of the pentad. The term herniosis
refers to the tendency of any type of hernia in indi-
viduals with ST.12-14 Interesting are some published
comments about a hypothetical inverse relationship
between molecular mechanisms of ST and the devel-
opment of malignancies.12,13 Although ST is consid-
ered an uncommon condition, with relatively few
reported cases, the authors strongly believe that it is
an underdiagnosed and underreported disorder. Case
reports can enhance the suspicion index of health
care workers on rare diseases. 
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Case Report

A 62-year-old Brazilian woman, hypertensive and
with dyslipidemia, came to the hospital to evaluate
burning epigastric pain and bolus sensation beginning
approximately one year ago. She had no changes in the
intestinal rhythm or weight loss and denied tobacco
smoking and alcohol abuse. Medicines for continuous
use were indapamide, spironolactone, nebivolol,
acetylsalicylic acid, and simvastatin. Medical history:
cesarean section, cholecystectomy (cholesterol polyps)
ten years ago.15 Family antecedents: lung cancer (fa-
ther), bone cancer in the foot (aunt), intestinal cancer
(uncle). Three months earlier, an upper digestive en-
doscopy (UDE) revealed a vegetating sessile lesion
contralateral to the duodenal papilla with a confirmed
diagnosis of tubulovillous adenoma, then classified as
group 4 of the revised Vienna consensus. The purpose
of hospitalization was to perform UDE with duo-
denoscopy for routine control. On physical examina-
tion, she had a class II obesity (BMI: 36.2 kg/m2),
afebrile and hydrated with a globose, flabby, depress-
ible, and painless abdomen, without visceromegaly or
a palpable mass. Laboratory routine, including blood
cell counts and biochemical determinations, revealed
results within the normal parameters. Levels of the

tumor markers carcinoembryonic antigen (CEA) and
CA 19-9 were unremarkable. Computed tomography
(CT) of the abdomen and pelvis showed a hypoatten-
uating image on the tail of the pancreas, measuring 0.5
cm, of probable cystic nature, and colonic diverticula.
The aorta was atheromatous but of normal diameter.
Chest CT showed the aorta and heart with regular di-
mensions. The UDE with duodenoscopy detected in-
tense distal erosive esophagitis (Grade C of Los
Angeles), a sliding hiatal hernia (type 1), and moderate
erosive antrum gastritis. The duodenal papilla was nor-
mal, with intact mucosa and spontaneous bile drainage.
Adjacent to the papilla, there was an extensive vege-
tating lesion, with a pinky irregular surface, and meas-
uring approximately 30-40 mm. Biopsy samples
revealed a tubulovillous adenoma with high-grade ep-
ithelial dysplasia. Besides colonic diverticula, the
colonoscopy evaluated the distal ileum, where there
were flat erosions with fibrin, and the histopathologic
study showed hyperplasia of lymphoid follicles. Three
months later, a UDE found a subpedunculated polyp
measuring approximately 50 mm, with an irregular sur-
face and a wine color, in the bulbar flexure and extend-
ing to the second duodenal portion 3.0 cm from the
major duodenal papilla (Figure 1). After the mucosec-
tomy, the established diagnosis was of intramucosal
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Figure 1. Upper digestive endoscopic images of the duodenal polyp with an irregular surface of a wine color, found in
the bulbar flexure and extending to the second duodenal portion, approximately at 3.0 cm from the major duodenal
papilla.
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adenocarcinoma originating from a tubulovillous ade-
noma and with a pedicle free of tumor (Figure 2). The
asymptomatic patient remains on outpatient control
with UDE every six months. 

Discussion

The 62-year-old woman diagnosed with duodenal
adenocarcinoma evolving within a tubulovillous polyp
also had clinical and imaging features of classical ST.12-
14 The rare incidence of the tubulovillous pattern is less
than 1% of all duodenal tumors.8 Duodenal adenocar-
cinoma represents 0.3% of gastrointestinal tumors,
mainly located in the second part of the organ, affecting
people between the ages of 40 and 60 years.10 As often
occurs with nonspecific symptoms, her diagnosis of
cancer was incidental.4,5,8 She had first abdominal stud-
ies revealing a polypoid duodenal lesion measuring 30-
40 mm, and the endoscopic biopsy was negative for
malignancy. However, a major finding was the pres-
ence of high-grade epithelial dysplasia (intense atypia).
Further surgical excision of the polyp revealed associ-
ated adenocarcinoma with a pedicle free of tumor. Ad-
vanced adenomas of tubulovillous or villous patterns,
measuring 10 mm or larger, often exhibit high-grade
dysplasia and have an elevated risk for malignant evo-
lution.7 Duodenal adenomas are precursors of malig-
nancy, as occurs in colorectal cancer, after multiple
specific genetic changes that contribute to the uncon-
trolled growth process. It is a prolonged phenomenon
by which few adenomas undergo a total
transformation.7 Worthy of note in the present case
study was the incidental diagnosis of the typical ST
manifested by a hiatus hernia, gallbladder disorder, and
colonic diverticula.12-14 According to the literature, this
report involves the unsuspected, underreported, or very

infrequent association of the intramucosal duodenal
adenocarcinoma with the ST.1-15 Personal (duodenal
polypoid lesion) and family (uncle with intestinal can-
cer) antecedents may have a role in the origin of the
duodenal malignancy herein described. Nevertheless,
there were no consistent findings to confirm the diag-
nostic hypothesis either of hereditary nonpolyposis col-
orectal cancer or familial adenomatous polyposis.
Similar to previous descriptions, the histopathological
pattern revealed by the initial endoscopic biopsy spec-
imens established a benign duodenal polyp diagno-
sis.1,4,6 Therefore, a significant concern in this setting is
related to the possibility of pitfalls that may propitiate
diagnostic mistakes and late evidence of an associated
adenocarcinoma. Diagnosis of the tumor in the early
stage, as found in the present case, allows less invasive
surgical procedures, including endoscopic mucosal or
submucosal interventions.3,11 More advanced stages of
the tumors imply more invasive management, includ-
ing partial or segmental and en bloc duodenal resection;
duodenal cephalo-pancreatectomy; segmental duode-
nojejunal resection; Whipple procedure, or another pal-
liative care.1-8,10 Currently, the endoscopic mucosal
resection and submucosal dissection remain scarcely
utilized by endoscopists of the West in the treatment of
superficial duodenal tumors.11 However, submucosal
dissection has a good rate of efficacy and safety, and
the majority of resected lesions in the upper gastroin-
testinal tract are intramucosal adenocarcinoma.11An ad-
ditional primary concern is about the alleged inverse
mechanisms between the development of malignancies
and the physiopathology of hernias in patients with ST.
The relationship of the triad with malignancy stands
controversial. Increased collagen I and fibroblasts in
extracellular matrices of people with ST may impair
cancer development as seen in the present case.12 How-
ever, ST occurred associated with a signet ring cell gas-
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Figure 2. Photomicrographs of samples from the duodenal tumor. A) Changes of the architecture with irregular glands,
nuclear stratification, hyperchromasia, and mitotic figures (arrows), compatible with intramucosal adenocarcinoma (H
& E, 4x); and B) Evident figures of mitosis (arrow) consistent with the malignant process of intramucosal adenocarcinoma
(H & E, 10x). 
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tric adenocarcinoma plus a malignant sigmoid polyp in
a Brazilian patient.13 This patient was hypertensive, but
the hypothesis of Saint’s pentad or tetrad was ruled out
by the absence of manifestations as dilated cardiomy-
opathy and aortic aneurism.12,13 This duodenal polyp
presented accentuated atypia, but the surgical margins
were free. One must better clear the hypothesis of an
inverse relationship between ST and cancer.

Conclusions

This case study involves a duodenal adenocarci-
noma related to a tubulovillous adenoma and con-
comitant with typical ST, phenomenon having a
random relationship uniquely. Single case studies have
an inherent weakness, but the data can merit further
research. 
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