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A patient with oeosinophilic gastroenteritis and severe
malnutrition improved with home parenteral nutrition
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Summary

Oeosinophilic gastroenteritis is a chronic and rare disorder characterised by massive oeosinophilic tissue infiltration involving one or more seg-
ments of the digestive tract. The management of patients with oeosinophilic gastroenteritis is complex and the therapeutic response often poor.
Here we discuss the clinical case and management of a 23-year-old man with oeosinophilic gastroenteritis since the first year of life and the

decision to prescribe lifelong total parenteral nutrition.

BACKGROUND

Oeosinophilic gastroenteritis is a chronic, rare, disorder
affecting predominantly men characterised by an
oeosinophil-predominant inflammatory process involving
one or more segments of the digestive tract."

Its estimated incidence is 1-20 individuals out of every
100 000, although many cases are under-diagnosed or not
reported.? Oeosinophilic gastroenteritis has been largely
described in the paediatric population and in adults it is
most often detected during endoscopic investigation for
abdominal pain or diarrhoea.’

The inflammatory process may involve one or more areas
of the gastrointestinal tract from the oesophagus to the
colon, the liver, the biliary tract, the pancreas and the peri-
toneum.*” The clinical manifestations depend on the
extent, location and depth of the oeosinophilic inflamma-
tory infiltration within the gastrointestinal tract.! ?

In particular, mucosal involvement is typically associated
with nausea, vomiting, diarrthoea, abdominal pain, occult or
frank bleeding with iron deficiency, weight loss secondary
to malabsorption and protein-losing enteropathy; the
involvement of the muscular layers could lead to intestinal
obstruction or even acute abdomen. Finally, serosal involve-
ment can cause bloating and ascites.®*°

Oeosinophilic gastroenteritis can be associated with
peripheral blood oeosinophilia, elevated serum IgE levels
and food-related hypersensitivity reactions, sometimes
with systemic oeosinophilic disorders."*

The diagnosis of oeosinophilic gastroenteritis is based on
the following criteria: (1) gastrointestinal symptoms, (2)
oeosinophilic infiltration of one or more areas of the gas-
trointestinal tract and (3) exclusion of other causes for intes-
tinal oeosinophilia (eg, drug reactions, parasitic infections,
inflammatory bowel diseases, connective tissue diseases,
lymphoproliferative malignancies).'? '3

The disease is often characterised by insensitiveness to
different treatments and, consequently, the management is
very complex.

Here, we describe the clinical case of a young man with
oeosinophilic gastroenteritis associated with multiple intes-
tinal fistulas and stenosis, relapsing pneumonia and severe
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otitis, nasal polyposis, T cell immunodeficiency and mul-
tiple food allergies.

CASE PRESENTATION

On November 2006, a 20-year-old man with oeosinophilic
gastroenteritis was admitted to our ward due to pneumonia
and severe protein-calorie malnutrition after partial gastrec-
tomy, duodenectomy and cholecistectomy performed 15
days before to treat a bleeding pyloric ulcer.

The patient’s familial anamnesis included the premature
death of a 2-year-old sister for pneumonia and diarrhoea. At
2,6 and 12 months of life he had episodes of pneumonia and
diarrhoea and was diagnosed with T cell immunodefi-
ciency and selective deficit of T cell helper lymphocytes.

He had reactions to many food allergens, and the attempt
to introduce two selected foods that had been negative at
the cutaneous prick tests resulted in vomiting, abdominal
pain, diarrhoea and increased intestinal permeability.
Therefore, he could not have a natural diet and was fed with
an elementary diet since the first year of life.

At the age of 5 years, he was again admitted to hospital
for abdominal pain. An upper gastrointestinal endoscopy
showed gastrointestinal mucosa hyperaemia with erosions
and ulcerations; the antropyloric region was obstructed and
an oeosinophilic inflammatory infiltration was found in all
biopsies. Repeated sweat tests were always negative as
were the serum anti-transglutaminase and anti-
endomisium antibodies; the al-antitripsine and total
immunoglobulin levels were in the normal range. He was
diagnosed as having oeosinophilic gastroenteritis although
steroid treatment (2 mg/kg/day for the first week and 0.5
mg/kg/day for the following 8 weeks) did not induce satis-
fying results'*~"7; finally, enteral nutrition with an elemen-
tal diet through a nasogastric tube (NGT) was prescribed
with satisfying effects on the disease symptoms.

At 6 years of age, he had Nissen anti-reflux surgery and a
percutaneous endoscopic gastrostomy (PEG) positioning to
continue the enteral nutrition with the elemental diet. Dur-
ing these years, growth rate was poor and recurring epi-
sodes of pneumonia and otitis were recorded.

10f4



BM] Case Reports

Figure 1

Faringeal and sputum swabs were often positive for Sta-
phylococcus aureus and Pseudomonas aeuruginosa. Laboratory
data showed high IgE levels.

An upper endoscopy revealed a stenosis of the gastric
antrum with oedematous and weak mucosa, but the probe
could not go beyond the pylorus. The histology showed a
chronic inflammatory infiltrate with a high percentage of
oeosinophils. The iron load test was pathological, while gut
permeability tests with lactulose and mannitol were within
the normal range. The intestinal washing content showed a
total immunoglobulin level at 12 mg/ml (nv<5) and an
increased haemoglobin concentration.

At 10 years of age, he experienced gastric bleeding and an
upper endoscopy showed a prepyloric ulcer with complete
pylorus obstruction. He underwent pyloroplasty and the
histology of the biopsy samples confirmed an increased
number of oeosinophils.

At 20 years of age (19 days before admission to our hos-
pital), he was urgently admitted for hypovolemic shock due
to a bleeding pyloric ulcer; after several attempts of endo-
scopic haemostasis, he underwent gastroduodenal resec-
tion and cholecystectomy for dropsied cholecystis as
already reported. The histological examination of the surgi-
cally resected bowel segment showed oedema, hyperaemia
and lympho-plasmocitary infiltration of mucosa, hypertro-
phy and oedema of the muscolaris layer, and fibrosis with
heavy oeosinophilic infiltration and numerous degranu-
lated oeosinophils in all intestinal wall layers.

A few days later, he was again operated for choleperito-
neum due to a gastric fistula on the PEG. Therefore, the PEG
was removed and the perforations sutured but an entero-
cutaneous fistula opened a few days later.

INVESTIGATIONS
On admission to our ward, the patient was dyspnoic and
very malnourished.

A chest x-ray showed a bronchopneumonic process with
diffuse thickening of bronchial tubes. The Koch Bacillus
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Intestinal x-ray with gastrographyn through the nasogastric tube showing the contrast accumulation in the resected gastric cav-
ity and afferent loop, with only a slow flow to the gastro-jejunostomy.

search on blood, urine and sputum was negative. Large
spectrum antibiotic treatment was started.

Protein-energy malnutrition indexes, such as reduced
body weight of 36 kg, reduced body mass index (BMI) of
14.1 kg/m?, reduced resting metabolic rate (RMR) 563 kcal/
24 h and reduced bioelectrical impedance (BIA) phase angle
4.3 (nv 6-7 for men) resulted.*®

Serum ferritin values were 971 ng/dl (nv 18-370), total IgE
473 kU/I (nv<100) and parathyroid hormone 6 pg/ml (nv
10-75). Hydrosoluble and liposoluble vitamin serum levels
were found very low.

After adequate desensitising premedication, an intestinal
x-ray with gastrographyn through the NGT was performed
(figure 1), which showed a progressive iodinate contrast
accumulation in the resected gastric cavity with only a slow
flow to the gastro-jejunostomy and stagnation in the affer-
ent loop. Moreover, several reflux episodes and the intesti-
nal lumen obstruction were also shown.

About 8 h after the test, the patient complained of severe
abdominal pain; the abdominal direct x-ray performed
showed multiple hydro-aereus levels and a CT scan
revealed a fluid collection in the abdominal recesses, with
gaseous inclusions among the ileal loops, which were
restricted and cleaved.

TREATMENT
The NGT was removed and a temporary central venous
catheter (CVC) was positioned for parenteral nutrition.

When the clinical conditions improved and the antibiotic
treatment for pneumonia was completed, it was decided to
position a long-term tunnelled CVC to manage lifelong total
parenteral nutrition.

Following a gradual and careful nutritional rehabilitation,
a full calorie nutritional mixture (2000 kcal; amino acids 85
g; glucose 250 g; Medium Chain Triglycerides/Long Chain
Triglycerides (MCT/LCT) lipids 70 g) with the addition of
multivitamins and micronutrients was prescribed; more-
over, the patient received additional parenteral vitamin
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supplementations (folic acid, A, By, Bs, By,, D, E, K vita-
mins) in order to restore these vitamin and micronutrient
normal levels.

OUTCOME AND FOLLOW-UP

At discharge, he was prescribed multiple drug treatment
with low-dose corticosteroid and antihistaminic agents to
complete the treatment of pneumonia and cyclic teicopla-
nin administration to prevent respiratory and ear infections
in addition to total parenteral nutrition. The patient and his
relatives were carefully instructed on the proper manage-
ment of the CVC.

His clinical conditions progressively improved. At the
most recent follow-up, 36 months after the total parenteral
nutrition, his clinical conditions were satisfying and stable.
His body weight was 42 kg and BMI 15.3 kg/m?, BIA phase
angle 6.7 and RMR 1541 kcal/24 h due to the gradual resto-
ration of lean body mass. There was no evidence of iron
deficit and nor had he experienced relapses of respiratory
infection. His quality of life is now satisfactory; he receives
cyclic nocturnal home parenteral nutrition every day, works
as accountant and is able to drive a car. He performs periodi-
cal outpatient checkups at our outpatient unit.

DISCUSSION

Primary oeosinophilic gastroenteritis comprises a pool of
uncommon and heterogeneous disorders secondary to a
prominent oeosinophilic tissue infiltration of the gas-
trointestinal tract of as yet unknown origin.? ® !

The main aspect of oeosinophilic gastroenteritis is the
often inconstant and insufficient response to several treat-
ments. However in this case report, we showed as total
parenteral nutrition has been able to dramatically improve
the patient’s clinical conditions.*® 2°

Our case study reports on a patient with T cell immuno-
deficiency in whom the defective peripheral tolerance to an
intestine-specific autoantigen probably led to an uncon-
trolled inflammation of the intestinal wall with a conspicu-
ous oeosinophilic infiltrate.'® 2°

Indeed, according to the data reported in the literature,
the initial diagnosis (T cell immunodeficiency) has to be
considered part of the oeosinophilic gastroenteritis syn-
drome; rather, it is possible that the underlying disease is an
immunodeficiency and oeosinophilic gastroenteritis is a
manifestation.

In fact, in several human conditions associated with lim-
ited thymic output of T cells, striking immunopathology
occurs usually associated with oeosinophilic inflammation
and with the production of Th2 cytokines. In these indi-
viduals, the repertoire of T cell receptors expressed by
peripheral T cells results are often very limited and this
seems to be the main factor determining the uncontrolled
CD4 T cell proliferation.*® 2°

Finally, a case report of a 34-year-old woman with disor-
dered IgE antibody regulation as a consequence of HIV-1
infection (acquired immunodeficiency) has been
described.”!

Since the age of 1 year, due to intolerance to multiple
foods, our patient received an elemental diet and the
attempt to introduce two selected foods that had been nega-
tive at the cutaneous prick test resulted in severe gas-
trointestinal symptoms.
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Steroidal treatment and elemental diet were not success-
ful in controlling the evolution of the disease; therefore,
with time, besides the poor clinical conditions, the patient’s
general status required three surgical operations to treat the
ensuing obstructive complications.??

The patient experienced an ileus after x-ray was per-
formed with soluble contrast due to the multiple intestinal
stenosis for the spread of the disease; this event confirmed
that the patient could not be fed with enteral nutrition.

In analogy with chronic idiopathic intestinal pseudob-
struction, where patients cannot be fed orally or via an
enteral tube, total parenteral nutrition through a long-term
CVC appeared, in our opinion, the only possible treatment
in this specific case of multiple stenosis of the gastroenteric
tract with severe malnutrition.?? #®

In the meantime, the efficacy of this treatment has been
confirmed by the interruption of the gastric, infectious and
metabolic complications as well by the stable improvement
of the patient’s nutritional state.

Home parenteral nutrition complications could be meta-
bolic, mechanical and infective; their rate is generally low
and strongly depends on the correct trade-off of nutritional
mixture components and the careful CVC management (by
the nurses, the patient and the caregivers). Data in the litera-
ture report a CVC infection rate of 2-0.3/1000 catheter
days, while the thrombosis and occlusion rate is 0.02/1000
days of treatment.

During the 3 years of follow-up, this patient had no home
parenteral nutrition/CVC complications.?*2%

Learning points

» This case report describes the troublesome
management of a complex and rare disease,
contributing to the debate on its correct handling.

> QOeosinophilic gastroenteritis can compromise food
intake and digestion causing severe malnutrition.

» This disease is often drug resistant and can require
surgical intestinal resections or other “non-standard
therapies.

» The consultation of different specialists has allowed
the best therapeutic decisions to be made in order to
guarantee a good quality of life for the patient.

”
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