Children’s medicine of the North-West ISSN 2221-2582
2024/Vol.12 N2 3

UDC 616.34-008.15-053.31-07-089
DOI: 10.56871/CmN-W.2024.52.77.019

CLINICAL CASE OF LEDD'S SYNDROME IN ADOLESCENCE

© lvan V. Subbotin', Victoria V. Kholostova' 2, Alexey N. Smirnov' 2, Namir A. Al-Mashat?,
Pavel M. Yarustovskiy?, Avazjon A. Dehkonboev?, Akmaljon M. Akhmadjonov3,
Valentin V. Sytkov?, Anatoly I. Khavkin*

"Children'’s City Clinical Hospital named after N.F. Filatov of the Moscow Department of Health. 15 Sadovaya Kudrinskaya str., Moscow
123001 Russian Federation

2Russian National Research Medical University named after N.I. Pirogov. 1 Ostrovityanova str., Moscow 117513 Russian Federation
3Republican Specialized Scientific and Practical Medical Center of Pediatrics. 3 Talant pr., Tashkent 100179 Republic of Uzbekistan
4Research Clinical Institute of Childhood. 62 Bolshaya Serpukhovskaya str., Moscow 115093 Russian Federation

Contact information:

Anatoly I. Khavkin — Doctor of Medical Sciences, Professor, Head of the department of gastroenterology and dietology named after
A.V. Mazurin, Head of the Moscow Regional Center of Pediatric Gastroenterology and Hepatology of the Research Clinical Institute
of Childhood, Ministry of Health of the Moscow Region. E-mail: gastropedclin@gmail.com ORCID: https://orcid.org/0000-0001-7308-7280
SPIN: 6070-9473

For citation: Subbotin IV, Kholostova VV, Smirnov AN, Al-Mashat NA, Yarustovskiy PM, Dehkonboev AA, Akhmadjonov AM, Sytkov VV,
Khavkin Al. Clinical case of Ledd’s syndrome in adolescence. Children’s Medicine of the North-West. 2024;12(3):158-162. DOI: https://doi.
org/10.56871/CmN-W.2024.52.77.019

Received: 03.06.2024 Revised: 09.07.2024 Accepted: 10.09.2024

Abstract. Ledd's syndrome is a common cause of intestinal obstruction in newborns, and in 90% of cases —
in children under 1 year. At the same time, diagnostics and surgical treatment in this age period are not
difficult. The authors analyzed 15-year experience of treating 51 children of older age groups with Ledd's
syndrome and showed that its course in adolescence often has a nonspecific clinical picture, as well as an
asymptomatic course, which can cause such conditions as hypotrophy, malabsorption syndrome, constipation,
gastroesophageal and duodenogastric reflux and gastroduodenitis. The article presents the experience
of treating a child with Ledd's syndrome in adolescence, demonstrating the complexity of diagnosis and
treatment of older children.
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Pestome. CnHgpom Jlegaa — Hepefgkaa NPUUYnHa KALWEYHOW HEMPOXOAUMOCTY Y HOBOPOKAEHHbIX, 1 B 90% cnyya-
eB —y geten fo 1 roga. [pv 3ToM AnarHoCcTrKa U XMpyprimyeckoe ieveHre B 3TOM BO3PacTHOM Nepuoae He npeg-
CTaBfIAET CIOXKHOCTEN. ABTOpamy MpoaHanu3npoBaH 15-neTHNiA onbIT leyeHns 51 pebeHKa CTapLumx BO3PaCTHbIX
rpyyn ¢ cmHapomom Jlegaa 1 mokasaHo, YTo ero TeyeHne B MOAPOCTKOBOM MeprOAe YacTo NMeeT HecrieLmdpnye-
CKYIO KIMHUYECKYIO KapTUHY, @ TakXKe 6eCCMNTOMHOE TEYEHUE, UTO MOXKET ABUTbCA MPUUNHON TaKX COCTOSIHIA,
Kak runotpodus, CMHAPOM MafbabcopbLuuy, 3anopbl, *KenyAoYHO-NMLLEBOAHBIA 1 JyO4eHO-racTpanbHbIn ped-
NIOKC M racTpoAyoneHUT. B cTaTbe MpeAcTaBneH onbIT leyeHns pebeHKa ¢ CMHAPOMOM Jlenaa B MOAPOCTKOBOM
nepuoge, 4eEMOHCTPUPYIOLNIA CAIOKHOCTb ANArHOCTMKN U NeYeHNA JeTeln CTapLiern BO3pacTHOW rpynmbl.

KnioueBble cnoBa: cuHOpom Jledda, cuHOpom J1edoa y noOpoCmKo8 U 83p0oc/iblx, OUAZHOCMUKA, XUpypau4yeckoe

Jie4yeHue

INTRODUCTION

Ledd's syndrome (LS) is an uncommon cause
of intestinal obstruction in neonates, with a in-
cidence of 0.8:1000 [1, 2]. About 90% of cases of
Ledd’s syndrome manifest prior to 1 year of age.
K. Fang et al. indicate that only 10% of cases of
Ledd’s syndrome are detected after the first year
of life [3, 4]. The incidence of Ledd’s syndrome in
adult patients ranges from 0.0001 to 0.2%, and
about 15% of such people do not have any clinical
manifestations for a long period of life [5, 6].

Diagnosis and surgical treatment of Ledd'’s
syndrome as a cause of intestinal obstruction in
neonates is not difficult. However, the prolonged
asymptomatic course of LS in children and ado-
lescents lead to late diagnosis, and further for-
mation of acute and chronic pathological condi-
tions that threaten the child's life. In this regard,
children with LS are often repeatedly hospita-
lized in various departments (more often — in
gastroenterological ones), receive symptomatic
treatment and are discharged in a state of com-
pensation without receiving etiotropic treat-
ment. As an intraoperative finding in a number
of cases, Ledd's syndrome causes significant dif-
ficulties in adopting the correct surgical tactics
during surgery [7].

CLINICAL CASE

The clinical case presented in this article de-
monstrates the complexity of diagnosis and treat-
ment of adolescents with LS.

Patient E., 14 years old, male, came to the cli-
nic with complaints of abdominal pain, irregular
stools, nausea and vomiting. It is known from the
anamnesis that the child has been having nausea
and vomiting periodically since birth. Recently,
abdominal pain, constant vomiting, weight loss
has been noted. The child has repeatedly received
inpatient treatment at the place of residence, as
well as in the department of gastroenterology,

but with no positive results. He was hospitalized
in the surgical department of the clinic. Objective
examination showed hypotrophy of the | degree.
General condition is satisfactory, in consciousness.
The skin is dry, pale pink, without rashes. Subcu-
taneous fatty tissue is moderately developed, skin
turgor and elasticity are preserved. There are no
visible swellings on the face. Breathing through
the nose, free. The chest participates in the act
of breathing, symmetrical. Vesicular breathing is
heard above the lungs. Tones are clear, pulse is
rhythmic. The mucous membrane of the oral ca-
vity is clean, pale pink, the tongue is moist, wi-
thout rashes. The abdomen is oval, symmetrical,
not bloated, participates in the act of breathing.
During the palpation the abdomen is soft, painful
around the umbilicus. There is no dulling in flanks.
Stools are irregular.

The perianal area is featureless. Tone of
anal sphincter is not changed. The ampulla
of the rectum is filled with fecal mass of hard
consistency. There were no significant chan-
ges in clinical and biochemical blood and
urine analysis parameters. According to the
results of ultrasonography (USG), no signs
of gallbladder deformation were revealed.
According to esophagogastroduodenofibros-
copy (EFGDS) there is insufficiency of esopha-
geal cardia of the | degree. Reflux esophagi-
tis of the | degree. Diffuse gastroduodenitis
with hyperaemia of the mucosa. Enlargement
of the duodenum. Multislice computed to-
mography-angiography was also performed,
which revealed signs of narrowing of the aor-
tomesenteric angle — compression of the left
renal vein between the aorta and the superior
mesenteric artery cannot be excluded. Partial
small bowel obstruction — an abnormality of
bowel rotation and fixation cannot be exclu-
ded. The angle of superior mesenteric artery
branching is 9°.
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Fig. 1.
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Irrigography. High location (a) of the dome of the cecum, median (b) and left-sided (c) location of all parts of the large intestine

Wppurorpacus. Beicokoe pacnonoxexue (a) Kynona cnernom KULWKK, CpeauHHOoe (6) 1 NEBOCTOPOHHEE (B) PACMONOXEHNE BCEX

a
Fig. 2. X-ray contrast study of the upper gastrointestinal tract with barium sulfate (a: 1 —gastroesophageal reflux; b: 1 — symptom
of “spring”; 2 — megaduodenum)
Puc. 2.

PEHTT@HOKOHTPACTHOE UCCNea0BaHe BEPXHUX OTAENO0B XeNy04HO-KNLLEYHOr0 TpaKTa ¢ CynbhaToM Gapus (a: 1 — Xenyao4Ho-

MULLEBOAHDBIA PEAIIIOKC; 6: 1 — CUMMTOM «MPYXUHbI»; 2 — MeragyofeHym)

Irrigography revealed a high location of the
cecal dome, predominantly on the left side and
medial location of all parts of the colon (Fig. 1).

X-ray contrast study of the upper gastroin-
testinal tract revealed gastresophageal reflux
(Fig. 2, a), megaduodenum (Fig. 2, b), “spring”
symptom (Fig. 2, b), reflecting the spiral course

of the initial parts of the small intestine, pre-
dominantly right-sided location of the small in-
testine (Fig. 2).

A laparotomy was performed, which revealed
Ledd's tracts, small intestine fasciculation,
and significantly dilated mesenteric vessels
(Fig. 3, b). The congenital fetal adhesions were
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Puc. 3.

separated (Fig. 3, a), detorsion and spreading
of the pericardium were performed. Intestinal
passage was restored on the 3" day. The child
was discharged home on the 7t" day.

Over a fifteen-year period we have accumulated
experience in treating 51 children with Ledd's syn-
drome. Obviously, the course of LS in adolescence
often has a nonspecific clinical picture, as well as
asymptomatic course, which, due to its rare occur-
rence in children and adolescents, is the cause of
pathological conditions of gastroenterological pro-
file (such as hypotrophy, malabsorption syndrome,
constipation, gastresophageal and duodeno-
gastric reflux, gastroduodenitis, bulbitis). Children
with a gastroenterological complaints, episodes
of vomiting with light intervals should undergo a
comprehensive examination, including X-ray con-
trast examination, fibrogastroduodenoscopy, ex-
pert ultrasound scanning, and, if a characteristic
clinical picture is detected, laparotomy with sepa-
ration of Ledd's ligaments, detorsion of the ductus
and mesenteric spreading should be performed.

B/C

Separation of the strands of Ledd (a); significant expansion of

the mesenteric vessels (b, ¢), intraoperative picture after straightening the
mesentery (d)

Paspenenue Tsxen Jlefaa (a); 3Ha4MTeNbHOE paclunpeHme cocyaoB

OpbDKeiku (6, B); WHTPAOMNEpauMOHHAs KapTuHA MOCAe pacnpaBneHus
OpbIKenKku (r)
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OOMOJIHUTENbHAA UHOOPMALUA

Bknap aBTOpOB. Bce aBTOpbI BHEC/W Cylie-
CTBEHHbIN BKNaA B pa3paboTKy KoHuenuuu, npo-
BefleHVe WUCCNefoBaHMA U MOArOTOBKY CTaTby,
npounu n ogobpunu GrHanbHy Bepcuio nepeq
nyénukaumen.
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KoH}nuKT nHtepecoB. ABTOPbI fieKNapupyoT
OTCYTCTBUE ABHbIX M MOTEHLUNANbHbIX KOHONMKTOB
WHTEePEeCOB, CBA3aHHbIX C Ny6nuKauumen HacTos-
Lien cTatbu.

UctouHuK ¢puHaHcmpoBaHMA. ABTOpbI 3asB-
nAT 06 OTCYTCTBUN BHELHEro GrHaHCMPOBaAHNWA
npv NPoOBefeHNN NCCIefoBaHMA.

UHopmupoBaHHOe cornacue Ha ny6nuka-
ymio. ABTOpPbI MOAYYMN MUCbMEHHOe corfacme
3aKOHHbIX MpeAcTaBuTenen naymeHta Ha nybnu-
Kauuio MegUUNHCKMX AaHHbIX.

REFERENCES

1. Pediatric surgery. National guide. Ed. Yu.F. Isa
kov, A.F. Dronov. Moscow: GEOTAR-Media; 2009. (In
Russian).

2. Puri P, Golvart M. Atlas of pediatric operative sur-
gery. Moscow; 2009. (In Russian).

3. Pumberger W., Kargl S. Malposition of the intestine
malposition malrotation volvulus “midgut volvu-
lus”. European Surgery. 2012;44(4):237-247.

4. Fang K., Liu Q. Corden M. Malrotation With
Volvulus Presenting as Recurrent Pancreati-
tis: 940. American Journal of Gastroenterology.
2015;110:5402-5403.

5. Ubirajara Rutilio M. e F. de Araujo, Imad Izat EL Tavil
Adult intestinal malrotation: case report. ABCD Arq
Bras Cir Dig. 2011;24(1):86-88.

6. Emanuwa O.F, Ayantunde A.A., Davies TW. Midgut
malrotation first presenting as acute bowel obstruc-

ISSN 2221-2582

tion inadulthood: a case report and literature review.
World Journal of Emergency Surgery. 2011;6(1):22.

7. Belmer SV, Razumovsky A.Yu., Khavkin A.l., Alkha-
sov A.B., Bekhtereva M.K., Volynets G.V. et al. Intes-
tinal diseases in children. Vol. 1. Moscow: Medprak-
tika-M; 2018. (In Russian).

JINTEPATYPA

1. [Jetckasa xupyprua. HaumoHanbHoe pyKOBOACTBO.
Mo peg. 0.0. Vicakoa, A.O. JpoHosa. M.: TOTAP-
Mepawna; 2009.

2. Nypwu ., lTonbeapT M. ATnac geTckon onepaTtuBHOM
xupypruum. M.; 20009.

3. Pumberger W., Kargl S. Malposition of the intestine
malposition malrotation volvulus “midgut volvu-
lus”. European Surgery. 2012;44(4):237-247.

4. FangK,, LiuQ., Corden M. Malrotation With Volvulus
Presenting as Recurrent Pancreatitis: 940. American
Journal of Gastroenterology. 2015;110:5402-S403.

5. Ubirajara Rutilio M. e F. de Araujo, Imad Izat EL Tavil
Adult intestinal malrotation: case report. ABCD Arq
Bras Cir Dig. 2011;24(1):86-88.

6. Emanuwa O.F, Ayantunde A.A., Davies TW. Mid-
gut malrotation first presenting as acute bowel
obstruction in adulthood: a case report and litera-
ture review. World Journal of Emergency Surgery.
2011;6(1):22.

7. benbmep CB, Pasymosckuin A0, XaBkuH AN., Anxacos
A.b., bextepeBa M.K., BonbiHey [B. n gp. bonesxun
KuweyHuka y geten. Tom 1. M.: Megnpaktuka-M; 2018.

PRACTICAL NOTES



